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Abstract

Background: Adherenceto anticancer medicinesiscritical for the success of cancer treatments; however, nonadherence remains
challenging, and there is limited evidence of interventions to improve adherence to medicinesin patients with cancer.

Objective: Thisoverview of reviews aimed to identify and summarize available reviews of interventions to improve adherence
to oral anticancer medicines in adult cancer survivors.

Methods: A comprehensive search of 7 electronic databases was conducted by 2 reviewers who independently conducted the
study selection, quality assessment using the A Measurement Tool to Assess Systematic Reviews 2, and data extraction. The
PRISMA (Preferred Reporting Itemsfor Systematic Reviews and M eta-Analyses) 2020 checklist was adapted to report the results.

Results: A total of 29 reviews were included in the narrative synthesis. The overall quality of the systematic reviews was low.
The4 main strategiesto promote adherence were focused on education, reminders, behavior and monitoring, and multicomponent
approaches. Digital technology—based interventions were reported in most reviews (27/29, 93%). A few interventions applied
theories (10/29, 34%), design frameworks (2/29, 7%), or engaged stakeholders (1/29, 3%) in the development processes. The
effectiveness of interventions was inconsistent between and within reviews. However, interventions using multiple strategies to
promote adherence were more likely to be effective than single-strategy interventions (12/29, 41% reviews). Unidirectional
communication (7/29, 24% reviews) and technology alone (11/29, 38% reviews) were not sufficient to demonstrate improvement
in adherence outcomes. Nurses and pharmacists played a critical role in promoting patient adherence to oral cancer therapies,
especially with the support of digital technologies (7/29, 24% reviews).

Conclusions. Multicomponent interventions are potentially effective in promoting patient adherenceto oral anticancer medicines.
The seamless integration of digital solutionswith direct clinical contactsislikely to be effective in promoting adherence. Future
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research for developing comprehensive digital adherence interventions should be evidence-based, theory-based, and rigorously

evaluated.

(JMIR Cancer 2022;8(2):€34833) doi:10.2196/34833
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digital; intervention; medication adherence; oncology; oral anticancer; systematic review

Introduction

With the advent of oral anticancer medicines (OACMs) more
than 2 decades ago [1], there has been agradual shift for cancer
treatments to be increasingly administered a home [2].
Oncology care teams and their patients face new challengesin
ensuring optimal adherence to therapy. Studies have revealed
that the rate of adherence to OACMSs varies widely across
cancers, but it can be aslow as 16% [ 3] and often worsens over
time [4]. Medication adherence (MA) is defined as “the extent
to which patients take their medication as recommended by
their health care provider” [5]. Adherence is an important
predictive factor for the success of OACMs [1,6], particularly
when these therapies require patients to take medications
correctly over along period.

Given the high priority of adherenceto OACMsin cancer care,
there have been an increasing number of interventionsto address
MA issues, particularly in oral endocrine therapy for breast
cancer [7] and oral medications for hematologic malignancies
[8]. However, published reviews have disclosed that the
evidence for these interventionsis limited in both quantity [9]
and quality [2].

In recent years, in an effort to provide more evidence in this
area, there have been quite afew published reviews of adherence
interventions in oncology, especially digital solutions [10-13].
However, these reviews varied in scope, methodology, and
outcome of interest, which could overwhelm decision makers.
This overview of reviews aimed to identify and summarize the
available reviews of interventions to improve adherence to
OACMs in adults with cancer. Overviews are new
methodol ogical approachesthat have been used where multiple
reviews already exist on thetopic of interest tofilter the plethora
of information and provide a framework for clinical decision
makers [14,15].

Methods

Overview

The study protocol was registered in the PROSPERO
(International Prospective Register of Systematic Reviews)
database (CRD42021240578) [16]. The PRISMA (Preferred
Reporting Items for Systematic Reviews and Meta-Analyses)
2020 statement was adapted to report this systematic review of
reviews[17] and is presented in Multimedia Appendix 1 [17].

Search Strategy

A systematic literature search was performed on 7 databases
for al publications up to March 2021: Ovid MEDLINE, Ovid
Embase, CINAHL, PsycINFO, Web of Science, the Cochrane
Database of Systematic Reviews, and the Database of Abstracts

https://cancer.jmir.org/2022/2/e34833

of Reviews of Effects. The Peer Review of Electronic Search
Strategies checklist [18] was used to guide the development of
the search strategy. The electronic search strategy wasinitially
developed in MEDLINE by a reviewer (THD) and was then
peer-reviewed by agroup of expertsinrelevant fields (KB, MA,
NW, PPJ and PS) and a librarian to ensure its
comprehensiveness. The search strategy combined controlled
vocabulary and keywords, including synonyms, antonyms, and
acronyms related to adherence, intervention, and cancer, and
was adapted for each database. We did not limit the publication
date but limited the search to the English language, human
studies, and reviews only (refer to Multimedia Appendix 2 for
full search strategies).

In addition to the database search, bibliographies of selected
studies were al so hand-searched to identify relevant studies not
detected by the electronic search.

Criteriafor Considering Studiesfor This Review

The studies had to meet all the following criteriato be eligible
for inclusion:

«  Population: adults (=18 years) diagnosed with any type of
cancer undergoing OACMs. Studies on children were
excluded because of the specificity of treatment issuesin
this group. Studies in a group of the population that
separately reported results for adults with cancer were also
included;

« Intervention: any type of intervention that included a
component to enhance patient adherence to oncology
treatment;

«  Comparator: usual care or active control intervention;

«  Outcome: MA complianceor persistence, clinica outcomes,
and quality of life of people with cancer;

«  Study type: reviews, including literature review or narrative
review, scoping review, and systematic review.

Study Selection

One reviewer (THD) conducted the searching, deduplication,
and initial screening of titles and abstracts of all studies found.
A second reviewer (ARMF) conducted a random independent
assessment of the identified papers and reviewed the screening
results of the first reviewer. Two reviewers independently
screened al full texts of potentially eligible papers. When
necessary, any differences between the 2 reviewers were
discussed until consensus was reached or resolved by a third
reviewer. Covidence site, operated by Veritas Health Innovation
Ltd [19], was used for data screening, selection, and
management.

Assessment of M ethodological Study Quality
The methodological quality of theincluded systematic reviews
was independently assessed by 2 reviewers (THD and ARMF),
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adapting the A Measurement Tool to Assess Systematic Reviews
(AMSTAR) 2, which has demonstrated satisfactory reliability
and construct validity [20]. AMSTAR 2isatool used to evaluate
the methodological quality of systematic reviews, which
includes randomized and nonrandomized studies of
interventions, including 10 domains and 16 items or questions.
The answering options were yes, partia yes, or no/no
information (corresponding to low or high risk of bias). We
used the findings from the AMSTAR 2 critical appraisa to
understand the certainty of the evidence base of the systematic
reviews. Disagreements were resolved by discussion.

As AMSTAR 2 does not combine individual item ratings to
create an overall score, the scheme for interpreting weaknesses
detected in critical (7) and noncritical (9) items, proposed by
Sheaet al [20], was applied. The overall confidencein theresults
of thereview was classified ashigh, moderate, low, or critically
low, according to the number of critical and noncritical
weaknessesidentified in the systematic review under appraisal.

Data Extraction and Synthesis

Data were independently extracted by 2 reviewers (THD and
ARMF) inastandardized table (Multimedia Appendix 3), which
was pil ot-tested, for 7 random eligible studies, and then, results
were compared and agreed upon. THD extracted data for the
remaining digible studies, which werethen reviewed by ARMF,
with discrepancies resolved through consensus. The
corresponding authors of the included studies were contacted
for further information or clarification, if necessary. The
extracted data included the type of review, research questions,
type of interventions, search strategies, search period limits,

Dang et d

characteristics of included studies, quality assessments, methods
of analyses, and findings. The included reviews were expected
to have high heterogeneity in terms of interventions,
comparators, outcome measures, study populations, and
methodologies. Therefore, statistical pooling  through
meta-analysis was not appropriate.

Results

Overview

The results of thisreview are presented in the following order:
search results, characteristics of included reviews, quality of
systematic reviews, description of interventions, and outcomes
of included reviews by group—scoping, systematic, and
literature reviews. Owing to the heterogeneity of the included
reviews, the findings are presented in a narrative format and
refer to meta-analyses performed by the authors of theincluded
reviews whenever available.

Search Results

The search strategy identified 2098 unique results from 7
databases, 1 from thereferencelistsof theincluded studies, and
1 from the automatic alerts of the databases. Title and abstract
screening identified 51 studies for full-text screening, of which
29 (57%) met the inclusion criteria. Details of the excluded
studies and reasons for exclusion are provided in Multimedia
Appendix 4 [2,7-9,12,21-46]. A high level of concordance was
achieved between the 2 reviewersin the screening process, with
disagreement in only 10% (5/51) of cases. These 5 paperswere
discussed by the 2 reviewers, and consensus was achieved. The
selection processisillustrated in the flowchart (Figure 1).

Figure 1. Flow diagram of study selection. CDSR: Cochrane Database of Systematic Reviews; DARE: Database of Abstracts and Reviews of Effects.

‘ Ovid MEDLINE | | Ovid Embase | | CINAHL | | PsycINFO ‘ | CDSR | | Web of Science | | DARE |
= Records identified through database searches
2 (n=2694)
g !
= Records after duplicate removal
=8 (n=2098)
=
L
Records excluded for not meeting inclusion
criteria
- (n=2049)
o0 Records after titles and abstracts were screened
= =49
= (n=49)
]
@
g v
Additional studies 1dentified . P Additional studies identified
Full-text articl d for eligibility
from automatic alerts of database searches —* v < es::;ls;e or elgibiity ] from reference lists of assessed full texts
(n=1) (n=1)

- Full articles excluded with reasons (n=22)
= 1- Not a review of medication adherence
= nterventions (n=8)
) (2- Rﬂ)ﬁults for adults with cancer was not reported
= n=4
= 3- Review of interventions for children (n=3)

4- Full text is not available (n=2)

3- Protocol paper (n=2)

6- Primary study (not review; n=1)
= 7- Not related to people with cancer (n=1)
% 8- Not related to anticancer agents (n=1)
= v
é Studies included 1n qualitative synthesis
= (n=29)
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Characteristics of the Included Reviews

Study Design and Publication Time

Among the 29 included reviews, 12 (41%) were systematic
reviews [2,7-9,12,21-27], 5 (17%) were scoping reviews
[11,13,47-49], and the remaining 12 (41%) were literature
reviews[10,28,29,50-58]. All 29 reviewswere descriptive, with
only 1 (3%) including meta-analyses[25]. All the studies were
published in English. Of these 29 reviews, 25 (86%) were
published between 2014 and 2021 and the remaining 4 (14%)
were published before 2014 [28,50-52]. Although literature
reviews were published throughout the period from 2009 to
2021, theresults of all systematic reviewswere publicly reported
between 2014 and 2019, and the publication of 5 scoping
reviews began in 2018.

Participants

Most reviews included studies on all types of cancer (22/29,
76%) [2,9-11,13,21,22,24,26-29,47-55,58], followed by breast
cancer (6/29, 21%) [7,12,23,25,56,57], and hematological cancer
(729, 3%) [8]. A tota of 90% (26/29) reviews
[2,7-13,21,23-29,48-57] examined adherence interventions for
disease-modifying therapies, and 10% (3/29) reviews[22,47,58]
reported adherence interventions for all types of cancer
treatments. Intotal, 17% (5/29) reviews specifically focused on
women [7,12,23,25,56], 7% (2/29) on adolescents and young
adults[22,58], and 3% (1/29) on socially disadvantaged people
with cancer [26]. The characteristics of the 29 studies included
in this overview are presented in Multimedia Appendix 5.

Aims of the Reviews

Although al 29 reviews aimed to synthesize evidence of
interventions used to promote MA among people with cancer,
6 (21%) narrative reviews a so included available literature on
adherence to oral anticancer regimens [2,28,50,52,53,58]. Of
the 5 scoping reviews, 4 (80%) targeted digital adherence
solutions, such as mobile apps[47,49], mobile phone—delivered
interventions [48], and digital interventionsin general [11]. Of
the 12 systematic reviews, 6 (50%) focused on examining either
the efficacy [22] or the effectiveness of adherenceinterventions
[9,12,21,24,25]. Some of the reviews specifically focused on
the type of interventions (eg, nurse-led [51], pharmacist-led
[24], educational [21], and technology-mediated
[10,11,47-49,54,55,57]), specific settings (eg, ambulatory care
setting [21]), and socialy disadvantaged groups in the
Organization for Economic Co-operation and Devel opment
countries [26].

Quiality of Systematic Reviews

Among the 29 reviews, 12 (41%) were systematic reviews, of
which only 1 (3%) conducted meta-analyses (Multimedia
Appendix 5). Methodological quality waslow or critically low
overal, with at least 2 out of 16 AMSTAR 2 appraisal items
[20] not met in al systematic reviews. The quality assessment
of the 7 critical AMSTAR 2 domainsis presented in Multimedia
Appendix 6. Only 8% (1/12) systematic reviews from the study
by Arthurs et a [21] received moderate overall confidence
ratings in the reported results, which meant that this systematic
review may provide an accurate summary of the results of the
included studiesto address the questions of interest. Moreover,

https://cancer.jmir.org/2022/2/e34833
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33% (4/12) and 59% (7/12) of systematic reviewsreceived low
and critically low overall confidence ratings, respectively,
meaning that the summarized results of these studies may be
inaccurate and that the conclusions need to be interpreted
carefully. The best adherence was found for using the
components of the PICO (popul ation, intervention, comparison,
and outcome) framework when describing the search question
and inclusion criteria (item 1) and describing the included
studiesin adequate detail (item 8). The item that most reviews
(9712, 75%) failed to meet was providing a justification for
excluding individual studies (item 7). For the critical domains,
42% (5/12) reviews referred to areview protocol (item 2), and
25% (3/12) reviews provided a list of excluded studies and
justified their exclusion (item 7). Nearly al reviews (11/12,
92%) accounted for risk of bias when interpreting the results
(item 13). Most of the reviews (10/12, 83%) used a satisfactory
technique for assessing the risk of bias in individual studies
(item 9), and 75% (9/12) of reviews conducted acomprehensive
literature search (item 4). The only review with meta-analyses
adhered to the item of using appropriate methods for statistical
combination of theresults (item 11) and investigated publication
bias (item 15). More details on the bias assessments of all 16
AMSTAR 2 items are provided in Multimedia Appendix 7
[2,7-9,12,21-27].

Description of I nterventions

Overview

Given the wide range of aims mentioned above, interventions
were categorized differently across and within reviews. Most
reviews (21/29, 72%) reported diverse and multimodal
interventions [2,7-9,12,13,21-29,50-54,56,58]; however, 28%
(8/29) of reviews provided detailed technology-mediated
interventions [10,11,22,47-49,55,57].

Modes of Delivery

Owing to the heterogeneity and lack of a common approach to
categorizing the interventions in the reviews, we describe the
modes of delivery for each one in Multimedia Appendix 8.
Although interventions could be broadly classified as
face-to-face or remote, these categories should only be
considered as a guide because they were not always exclusive,
owing to the complexity of interventions. For example, the same
educational elements could be delivered via direct contact and
web-based channels.

Face-to-face I nterventions Only

The only 2 reviews in this group of interventions [50,51] were
published the earliest among the reviews included in this study.
One review [51] focused particularly on nurse-delivered
interventions.

Remote | nterventions Only

A total of 28% (8/29) of reviews reported only on
nonface-to-face interventions with the assistance of technologies
[10,11,22,47-49,55,57]. All these reviews were published in
the last 6 years. Most were directed at individuals through
various delivery modes, including phone, SM S text messages,
and mobile apps.
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Combined Face-to-face and Remote I nterventions

A total of 66% (19/29) of reviews were concerned with either
face-to-face or remote modes of delivery or complex multimodal
interventions[2,7-9,12,13,21,23-29,52-54,56,58]. Interventions
in these reviews were either single or multicomponent, often
including education; reminders; and aff ective components, such
as patient navigators, emotional and self-management support,
and problem solving.

More details about interventions in each review are presented
in Multimedia Appendix 9 [2,7-13,21-29,47-58].

Theoretical Frameworks

Only 34% (10/29) of reviews reported on theoretical
frameworks. The most common theorieswerethe Health Belief
Model [59] and its subsequent versions, Socia Learning Theory,
and Social Cognitive Theory [60], which were mentioned in
21% (6/29) of reviews[12,13,22,23,28,48]. The Self-Regulation
Model [61] was the second most common framework, featured
in 10% (3/29) of reviews[13,22,49]. Onereview [48] mentioned
self-determination theory [62]. None of the face-to-face
intervention reviews discussed theoretical frameworks.

I ntervention Providers

Asinterventions are diverse, their providers include a range of
professionals in the health care field: clinicians, nurses,
pharmacists, and health providers. The interventions in most
reviews were delivered by a multidisciplinary team. However,
one review specifically focused on nurse-led interventions[28]
and another on pharmacist-led interventions [24]. A total of
10% (3/29) of reviews reported on interventions delivered by
nurses or pharmacists [21,27,51].

I ntervention Development

Most reviews did not discuss the devel opment of interventions.
Using design frameworks and engaging stakeholderswererarely
mentioned. One review [48] reported that stakeholders were
engaged inthe design of al included interventions, for example,
patients and oncology clinicians were engaged in the early
design phases to explore end users perceptions of the
acceptability and usefulness of the interventions. Stakehol ders
were patients, caregivers, clinicians, administrators, care
providers, the community, and society, depending on the type
of intervention. Two design frameworks [63,64] were applied
in the development of interventionsin 2 reviews [48,49].

Dose and Duration

Although the doses and durationswere mentioned in 31% (9/29)
of reviews [7,10,13,21,24,29,48,53,57], they were brief and
varied for different types of interventions and modes of delivery.
For example, the frequency of SMS text messages was daily,
bidaily, or weekly [7,10,29,48,57]. Automated voice responses
could be set up on a daily, weekly, or monthly basis [10,29].
The duration of multicomponent interventions varied from 9 to
18 months [29]. The follow-up period of interventions could
be as short as 2 months or as long as 45 months [24].
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Outcomes of Included Reviews by Group

Overview

All reviews, except 3[47,49,51], reported MA improvement as
aprimary outcome. Some al so reported medication persistence
[23]; clinical outcomes, such as symptoms and adverse events
[24]; hospital admission rates[9]; subclinical responses; survival
time[8]; cancer-related knowledge and self-management skills
[22,26]; and some quality-of-lifeindicators[26]. A total of 10%
(3/29) studies [24,26,49] mentioned patient satisfaction and
economic impact outcomes [24]. For this review, we focused
on MA outcomes and discussed some of the secondary
outcomes. Theresultsfrom the 5 scoping reviews are described
first, followed by 12 systematic reviews, and finally, thefindings
from the 12 narrative reviews.

MA (Primary Outcome)

Overview

Not all reviews specified how MA was measured. In reviews
that specified how MA was measured, the methodswere diverse:
subjective, objective, or biomedical. Subjective measurements,
such as patient self-reports and clinician reports, werethe easiest
reporting methods. However, perhaps because of its potential
inaccuracy, it was only used to measure adherencein 12 reviews
[2,7,8,10,12,13,21,23,25,52,53,56]. Half (14/29, 48%) of the
reviews reported objective measurements, such as pill diaries,
pill counts, and medication event monitoring systems
[2,7-10,12,13,21,23,25,28,51-53], whereas some (7/29, 24%)
mentioned biomedical measurements, such as drug metabolites
in urine [2,7-10,52,56].

Scoping Reviews

MA wasreported asaprimary outcomein 60% (3/5) of scoping
reviews [11,13,48] (Multimedia Appendix 10). Skrabal Ross
et a [48] explored the evidence of mobile-delivered
interventions, mainly SMS text messages and mobile apps (5
studies). Gambalunga et a [11] focused on mobile apps (7
studies). Both reviews concluded that despite the use of digital
means in facilitating the adherence of patients with cancer to
oral treatments being strongly recognized in the literature, its
effectivenesswas either underexamined [48] or poorly supported
[11]. The engagement of stakeholders and the use of design
frameworks in developing digital interventions were very
important [48]. In a scoping review of 56 studies evaluating
adherenceto oral antineoplastic agents[13], lessthan half (n=25,
45%) reported dStatistically significant improvements in
adherence or persistence. Of these 56 studies, 8 (14%) used a
mobile health tool and SMS text messages as the mode of
delivery. The results revealed that drug-reminder SMS text
messaging, either alone or in combination with a mobile app
targeting intentional nonadherence, appeared to be effective
among people with asingle diagnosis but not among those with
different diagnoses. The review aso emphasized that
theory-based and evidence-based interventions tailored to the
needs of patients were more likely to be effective.

In the other 2 scoping reviews [47,49], mobile apps were
reported as useful toolsin facilitating the delivery of behavioral
guidance, real-time capture of patients’ symptoms, monitoring

JMIR Cancer 2022 | vol. 8| iss. 2 [e34833 | p.8
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

of adherence, and supporting the self-management of side effects
[49]. Nevertheless, the efficacy of mobile apps in improving
symptom management and MA requires further exploration
[48].

Systematic Reviews

MA was the primary outcome of al 12 systematic reviews.
Findings from the meta-analytic results are presented first,
followed by narrative syntheses.

Only 1 systematic review by Finitsis and Vose [25] contained
meta-analyses to quantify the aggregate effect of interventions
toimprove adjuvant endocrine therapy adherence among women
with breast cancer and meta-analyzed these effects across
studies. A total of 7 studies that reported 8 interventions were
included in this review [30-35,65]. Nearly half (3/7, 43%) of
the included studies used one-way communication to deliver
information and education to patients. Two studies used
bidirectional communication between oncology nurses and
patients. One study used a multicomponent intervention,
including amobile app and phone call follow-up from the care
team. The results showed that interventions using bidirectional
communication (ie, eliciting information from patients and
sending information to patients) had statistically significant
effects compared with the control groups within each study
(k=4; Cohen d=0.59; 95% CI 0.23-0.95), whereas those using
only one-way communication (ie, purely providing information
to patients) did not (k=4; Cohen d=-0.03; 95% CI -0.27 to
0.20). The authors concluded that the interventionsfailed when
one-way flow communication was used. Interventions to
improve adjuvant endocrine therapy adherence should enhance
patient engagement via bidirectional platforms. The additional
details are presented in Multimedia Appendix 11 [13-19].

MA was reported as a primary outcome in al 11 narrative
systematic reviews[2,7-9,12,21-24,26,27]. Four main strategies
to promote adherence emerged from these reviews:. education,
reminders, behavior and monitoring, and multicomponent
interventions. The reported results varied between and within
reviews, even for the same types of intervention (Multimedia
Appendix 12).

The educational strategy was reported in al reviews, either as
astand-alone intervention or as an element of multicomponent
interventions. Educational materials often included information
about diseases and medications (eg, dosage, side effects, storage,
disposal, and waysto remember to take the medication). Studies
revedled that education aone, regardless of delivery (eg,
face-to-face, leaflets, or mailouts), was insufficient to promote
adherence to anticancer regimens[2,7,8,12,23,27].

There are many mechanismsthat can be used to remind patients
to take their medication. These could be as simple as calendars,
diaries, dosing sheets, pillboxes, and charts or more advanced,
with the help of technology, such as SMS text messages and
mobile apps. Although reminders could be effective in
reinforcing the behavior of taking the medication in some
chronic conditions, such as HIV or AIDS [52,53], their
effectivenessin oncology has not been demonstrated [7,9,26].

The behavioral and monitoring strategies have been broadly
used in MA interventions in various forms and modes of
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delivery: delivered either in asingle form or mode (monitoring
pill-taking, autopharmacy refills, electronic prescribing, and
individual coaching) [2,7,23,24] or an intervention package
(monitoring and feedback, side effect management, and positive
self-care behavior) [2,7,22,23]. Similar to the diversity of
interventionswithin this group of strategies, their effectiveness
in enhancing adherence to oral antineoplastic medicines varied
widely within and between reviews [2,7,9,22,26,27].

Multicomponent interventions were reported in 82% (9/11) of
systematic reviews [2,7-9,12,21,23,24,26], often including a
combination of education; reminders; and behavioral, cognitive,
or affective components. Tailored education in combination
with drug reminders and counseling delivered by nurses or
pharmacists to promote symptom management and adherence
behavior was likely to be effective in improving adherence
[2,8,9,12,24]. Nevertheless, in a few (4/29, 14%) reviews,
nurse-led tailored patient education [21], pharmacist-led
intensive care programs [21], and education combined with
reminder interventions were not effective [7,23]. The effect of
education, pill shaping, and home restructuring was uncertain
in the systematic review by Mathes and Antoine [9]. This
uncertainty was al so observed in multicomponent interventions
including education, reminders, and motivational interviewing
[23]; or interventionsincluding education and monitoring [27].

There were some overlaps across systematic reviews at the
individual-study level. The results of 18 primary studies,
including 7 randomized controlled trials[30,34-37,66,67], were
reported in more than 1 systematic review [30,33-44,65-69].
For example, 2 randomized controlled trials on the compliance
of patients to anastrozole in a therapy program, published by
Hadji et a [66], and the influence of a patient information
program on adherence and persistence to an aromatase inhibitor
in breast cancer treatment, published by Ziller et al [35], were
reported in the same 5 systematic reviews[2,7,12,23,25]. More
details on the overlap of primary studies across systematic
reviews are presented in Multimedia Appendix 13
[13,15-27,47-50].

Literature Reviews

Among the 12 included literature reviews, 4 (33%) focused on
technology-based interventions; 1 (8%) examined nursing
interventions[51]; and 2 (17%) expanded the scope of research
to areas such as adherence or persistence rates [50] and its
impacts [53], challenges to adherence in oncology [28,52,53],
and adherence measurements [52]. MA was reported as a
primary outcome in al literature reviews except 2 [51,57]
(Multimedia Appendix 14).

The results from these literature reviews were consistent with
findings from included scoping and systematic reviews:
education alone was insufficient to promote adherence to oral
medication regimens [29,53,54,58], and multicomponent
interventions were more likely to be effective in improving
adherence [10,28,29,50,52-55,58]. Behavioral and monitoring
strategies did not consistently improve adherence rates when
used alone [29,50,53], athough some studies have reported
positive results [28,29,56].
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However, the effectiveness of reminders was controversial.
Reminder tools, such as calendars, diaries, and dosing sheets,
likely improved patient adherence [28,53], whereas daily
pillboxes were unlikely to do so [28,50]. Electronic reminders,
such as SM S text messages and mobile apps, were reported to
be effective in the review of Accordino and Hershman [52] but
ineffective in another review conducted by Cazeau [10].

Narrative reviews also revealed that oncology nurses and
pharmacists, as part of a multidisciplinary team, can have a
significant influence on patient adherence via education,
increased accessto medicines, early identification of symptoms,
and side effect self-management skills[28,29,51,53].

Secondary Outcomes

In addition to MA rates, clinical outcomes, such as decreased
symptoms [24], cytogenetic response, and survival time [8],
were evaluated. The effects of education on clinical outcomes
were uncertain [8]. However, some multicomponent
interventions, including education, tailored counseling, and
affective components (eg, homevisit support), showed possible
positive effects [8,24]. In 2 reviews [22,26], interventions
combining side effect management, positive self-care behaviora
promotion, education, counseling, or organizational change
elementsimproved cancer-related knowledge and self-efficacy
among people with cancer. Two reviews [9,24] listed hospital
admission rate as a secondary outcome, but it was not
statistically significant in all included interventions.

Discussion

Principal Findings

This overview of reviews aimed to synthesize evidence from
available reviews on interventions to improve MA to OACMs
in adults with cancer. To the best of our knowledge, thisisthe
first study to achievethisgoal. Among the 29 included reviews,
only 1 (3%) conducted meta-analyses and 17 (59%) did not
follow systematic methodol ogiesin identifying, analyzing, and
reporting literature. Consequently, it wasimpossible to perform
guantitative analyses. Nevertheless, including literature reviews
inthe narrative synthesisis useful for understanding the breadth
of the study field. The only systematic reviews of moderate
quality focused on therapeutic patient education interventions
in ambulatory care settings [21]. The other 11 systematic
reviews on the topic of interest had low or criticaly low
confidencerating. Therefore, the results of theincluded reviews
should be interpreted with caution.

The comparability of the study resultsislimited because of the
high heterogeneity of the included reviews (Multimedia
Appendix 5) and studieswithin each review [9,13]. The content
of adherence-enhancing interventionsisvaried [29]. In addition,
there are differences in the characteristics of patients whose
adherence has been influenced [9]. Furthermore, comparability
is constrained owing to different adherence measurements
[2,7,8,52]. Accordingly, this review summarizes the main
themes of the included reviews rather than comparing them.

Thisreview suggeststhat single strategiesto promote adherence
(eg, education, reminders, or monitoring) are not sufficient to
improve adherence. Multidimensional interventions that used
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collective strategiesto promote adherence (education, reminder,
cognitive, behavioral, and affective) were potentially more
effective. Our findings are in line with earlier reviews of
interventionsto improve adherence in various chronic conditions
[45,46] and those focusing on cancer [9,50,54,58]. These
findings also resonate with the report of the World Health
Organization that MA is a multidimensiona phenomenon
determined by 5 dimensions (social and economic, health
system, condition-related, therapy-related, and patient-rel ated)
[70]. Thus, multicomponent interventions applying different
strategies are needed to address the multifaceted adherence
phenomenon [70].

The described theoretical frameworks were neither clear nor
validated. One-third of reviews reported on the scattered use of
cognitive and behavioral theories in only a few studies [12].
Although the authors [12,48] emphasized the importance of
using theoretical grounding in planning, designing, and
evaluating outcomes of multilevel interventions, afew [13,23]
argued that the effect of thiswas quite modest. This uncertainty
isinline with ameta-analysis of 683 studiesthat quantified the
impact of theory-driven interventions on adherence [71]. The
limited use of theory to design interventions means that no
conclusions can be drawn regarding the importance and
effectiveness of theoretically derived interventions. Furthermore,
the complex and multifaceted factors contributing to
nonadherence represent another challengein the selection of an
appropriate conceptual model to design interventions. Perhaps,
acombination of theories may better explain the diverse barriers
and facilitators of MA and provide a stronger direction to
formulate interventions. Future research should pay more
attention to this aspect of adherence interventions.

The use of digital solutions to enhance adherence to cancer
treatment has been increasing in the past decade [47,55]. The
literature has emphasized the potential of digital platforms to
facilitate oral antineoplastic adherence among people with
cancer [11]. Medication nonadherence can be intentional or
unintentional. Intentional nonadherenceisapatient’s conscious
decision not to take adrug, for example, because of unpleasant
side effects [72]. Unintentional nonadherence is unplanned by
apatient, for example, because of forgetfulness[73]. Therefore,
the interventions require different modes of action. A variety
of measures, such as patient education and good patient-provider
communication, can enable patientsto better report and manage
therapeutic side effects [55]. Technologies can enhance these
measures by providing patientswith rapid, continuous, and easy
access to both educational resources and symptom
self-management strategies, also facilitating communication
between patients and their careteams[11,55]. Personal lifestyle
and electronic triggers (eg, SMS text messages) remind and
motivate patients to take their medication, so that it becomes
an integral part of their daily activities [11,52]. In both cases,
digital platforms (eg, mobile apps) can enable real-time
monitoring of patient self-management [11]. However, thisis
an emerging field, and most studies have focused only on
evaluating the acceptability, usability, and feasibility of
interventions. The effectiveness of digital MA interventionsin
clinical oncology practice is poorly supported [47,48]. Future
research should not only focus on determining the effect of
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digital interventions on adherence but also on identifying
barriersto delivering high-quality personalized careto end users
[11].

Using frameworks and engaging stakeholdersin the design and
development of digital interventions is crucial. Design
frameworks help in planning the resources needed for each stage
of the design and to mobilize them effectively and efficiently
[48]. The involvement of stakeholders is central in ensuring
that the intervention meets the needs of the target audience and
in increasing its sustainability [49]. Nevertheless, strategies
involving stakeholders (eg, patients, caregivers, oncology
clinicians, nurses, pharmacists, and the community) haverarely
been reported [48]. The involvement of professionals in the
intervention development processes was very limited [49,55];
only 2 studies [74,75] mentioned patients and clinicians
participation. Most interventions did not use or, at least, did not
report the use of design frameworks in the development
processes [48]. Given the rapid increase of technology
applications in MA and the importance of this aspect in
intervention development, it is worthy of future research into
theinvolvement of stakeholdersand the design framework used
in the development of adherence interventions.

The findings from this review show that the use of digital
solutions alone may be insufficient and may require cultural
adaptive change [57]. Health care professionals’ interaction
with patients is pivotal to augmenting the effect of these
interventions [51]. Nurses and pharmacists are uniquely
positioned to promote adherence to oral cancer therapies
[10,51,53]. Findings suggest that clinical support (eg, tailoring
education to meet patients needs) and symptom assessment
and management provided by nursesempowered patients' ability
to adhereto treatments[8,28,55]. Future interventionsin cancer
should maximize the advantage that health professionals can
contribute to patients MA with the support of digital
technology.

Finally, thisreview suggeststhat to consolidate evidence on the
effects of MA interventions in cancer, further work is needed
using rigorous methods, such as prospective randomized designs
in large samples of patients. Study outcomes should not only
be limited to adherence rates but also the long-term effects of
interventions and meaningful clinical outcomes, such as
decreased symptoms and adverse effects of therapy, inhibited
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disease progression, and increased patient survival and quality
of life. These suggestions are consistent with the results of some
other systematic reviews of interventionsto promote adherence
to OACMs that have been published to date [2,9].

Limitations

This review has inevitable limitations owing to the limited
existing high-quality quantitative analytic evidence, which also
demonstrates a high risk of bias. Similarly, the significant
heterogeneity across and within reviews and studies did not
allow statistical analyses beyond reporting of results from the
only meta-analysis and narrative analyses performed by the
authors of the included reviews. Throughout the process, we
relied on published evidence rather than aggregated data from
individual studies. Therefore, a definitive assessment of the
overall strength of evidence and the effectiveness of current
interventions to enhance adherence to anticancer medicines
among adults with cancer is not possible. Finally, only the
reviews published in English were included. Thus, there is a
risk of missing the relevant literature published in other
languages. However, comprehensive searches were conducted
using different databases to minimize this limitation as much
as possible.

Conclusions

Despite these challenges, this review suggests the potential
effectiveness of multicomponent interventions to promote
adherenceto OACMsin adults. Thisreview highlightstherole
of digital health in enabling and enhancing multicomponent
adherence interventions. Nurses and pharmacists are in unique
positions and play an important role in facilitating and
motivating patient adherence behavior in oncology treatments.
These processes can be facilitated without creating a burden if
they are integrated into the current routine practices with the
support of technology. The findings from this review support
the need for future research in devel oping evidence-based digital
multicomponent interventions to assist people with cancer in
adhering to their oral therapies. This review also underscores
the importance of stakeholders’ involvement and the use of a
design framework in the development of interventions to
increase trandlatability and sustainability in real oncology
practices. Given therapidly increasing use of oral antineoplastic
medicines and the dramatic availability of digital tools
worldwide, research in thisfield isexpected to increase rapidly.
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Abstract

Background: Globally, the burden of cancer on population health is growing. Recent trends such as increasing survival rates
have resulted in aneed to adapt cancer careto ensure agood care experience and manageable expenditures. eHealthisapromising
way to increase the quality of cancer care and support patients and survivors.

Objective: The aim of this systematic review was 2-fold. First, we aimed to provide an overview of eHealth interventions and
their characteristics for Dutch patients with and survivors of cancer. Second, we aimed to provide an overview of the empirical
evidence regarding the impact of eHealth interventions in cancer care on population health, quality of care, and per capita costs
(the Triple Aim domains).

Methods: The electronic databases Web of Science, PubMed, Cochrane, and Ovid PsycINFO were searched using 3 key search
themes. eHedlth interventions, cancer care, and the Netherlands. The identified interventions were classified according to
predetermined criteria describing the intervention characteristics (eg, type, function, and target population). Their impact was
subsequently examined using the Triple Aim framework.

Results: A total of 38 interventions were identified. Most of these were web portals or web applications functioning to inform
and self-manage, and target psychosocial factors or problems. Few interventions have been tailored to age, disease severity, or
gender. The results of this study indicate that eHealth interventions could positively affect sleep quality, fatigue, and physical
activity of patients with and survivors of cancer. Inconclusive results were found regarding daily functioning and quality of life,
psychological complaints, and psychological adjustment to the disease.

Conclusions: eHealth can improve outcomes in the Triple Aim domains, particularly in the population health and quality of
care domains. Cancer-related pain and common symptoms of active treatment were not targeted in the included interventions
and should receive more attention. Further research is needed to fully understand the impact of eHealth interventions in cancer
care on participation, accessibility, and costs. The latter can be examined in economic evaluations by comparing eHealth
interventions with care as usual.

(JMIR Cancer 2022;8(2):€37093) doi:10.2196/37093
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Introduction

Background

Globally, population health is greatly affected by cancer. An
estimated 19.3 million new cancer cases and amost 10 million
cancer deaths occurred in 2020 [1]. The related health care
expenditure amounted to €103 (US $110) billion in Europe in
2018, corresponding to 6.2% of the total health expenditures
[2]. Theglobal cancer incidenceis estimated to double by 2035
[3]. Owing to better screening and treatment options, survival
rates have increased. Hence, cancer is increasingly becoming
a chronic disease. Therefore, it is essential to develop and
implement interventions to promote the long-term health and
well-being of patients and survivorsand to support daily disease
coping [4].

Increasing attention is being paid to the use of eHealth to
improve cancer care and support patients with cancer and
survivors in coping with their illness. The World Health
Organization defines eHealth as “the use of information and
communication technology in support of hedth and
health-related fields’ [5]. There are several definitions of cancer
survivors. Here, we use the definition of the National Cancer
Ingtitute: “persons with cancer post-treatment until the end of
life” [6]. Currently, various eHealth interventions are available
for patientswith cancer and survivors. These interventions show
considerable variationsin function, target population, and type
of eHealth technology. For instance, interventions can provide
patients with and survivors of cancer with information about
the disease and itstreatment [ 7,8], support decision-making and
self-management [9,10], alleviate physical and emotional
problems [11,12], or provide peer socia support [13,14].
Furthermore, interventions target different groups of patients
with or survivors of cancer using various technologies and can
be used as unguided self-help or with the support of health care
professionals. Severa studies have evaluated specific eHealth
interventions in cancer care [15-20]. These studies considered
avariety of outcomes, such as psychological complaints[15,16],
symptom distress [17,19], and insomnia severity [18], and
examined the effect of intervention characteristics, such asthe
amount of support, on intervention efficacy [21].

Currently, agenera overview of eHealth interventionsin cancer
care and their characteristicsislacking. Such an overview would
provide insights into the broad range of eHealth interventions
available in cancer care, making it easier to compare
interventions and their efficacy. In addition, no reviews that
investigate the empirical evidence of the impact of eHealth
interventionsin cancer care are available. The absence of such
overviews limits our understanding of the added value of
eHealth interventions in cancer care. One way of evaluating
interventionsisthrough the Triple Aim framework. This model
focuses on (1) improving population health, (2) improving the
quality of care and patient experience, and (3) reducing the per
capita health care costs [22]. Many areas of health reform can

https://cancer.jmir.org/2022/2/e37093

be helped forward and strengthened by Triple Aim framework,
including the integration of information technologies such as
eHealth. Deploying the Triple Aim lens offers an opportunity
for aholistic and versatile evaluation.

Objective

The aim of this systematic review is 2-fold: (1) to provide an
overview of available eHealth interventions in cancer care and
their characteristics as described in the scientific literature and
(2) to provide an overview of the empirical evidence regarding
theimpact of eHealth interventionsin cancer care on population
health, quality of care, and per capita costs—the Triple Aim
domains [23]. As eHedth interventions are likely to be
context-specific or even context-dependent, we will examine
eHealth interventions applied in the Dutch context [24]. The
Dutch context has been chosen as a case study and serves as an
example for other Western countries.

Methods

Search Strategy

The following 4 databases were searched electronically from
the earliest available date to June 14, 2021, to identify relevant
literature: Web of Science, PubMed, Cochrane, and Ovid
PsycINFO. Three key search components were used: eHealth
interventions, cancer, and the Netherlands. An overview of the
search strategies for each database can be found in Multimedia
Appendix 1. Other potentidly relevant publications were
identified by tracking the reference lists of included articles.

Eligibility Criteria
Studies were eligible if the following criteria were met:

« Population: the eHealth intervention was offered in the
Netherlands and targeted adults (>18 years) diagnosed with
cancer who were about to start, are currently undergoing,
or have finished treatment (ie, cancer survivors) within the
Dutch health care system.

« Intervention: the study focused on eHealth interventions
according to the definition of eHealth by the World Health
Organization [5]: “the use of information and
communication technology in support of heath and
health-related fields” Both fully web-based and blended
eHealth interventions (ie, interventions combining
web-based components with face-to-face contact) were
included [25]. The eHealth intervention did not consist of
business intelligence and big data solutions, such as
analyzing structured and unstructured data to gather
information to support decision-making [26].

«  Comparison: studies were included independently of the
presence and type of control group.

«  Outcome: there was no focus on specific research outcomes
for the first aaim—to provide an overview of available
eHealth interventions. The goa was to obtain a broad
picture of available eHealth interventions. For the second
aim—to provide an overview of empirical evidence
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regarding theimpact of eHealth interventions—only studies
that measured one or more of the Triple Aim domainswere
included.

« Setting: using any study designs except for incomplete
trials, editorials, letters, and reviews. Nonetheless, the latter
method was used to identify additiona relevant studies
from thereferencelists. We excluded these 3 study designs
asthey were non—peer-reviewed or did not discuss a specific
intervention.

- Time al years were included as long as the study was
published in the Dutch or English language.

Selection Procedure

The PRISMA (Preferred Reporting Items for Systematic
Reviewsand Meta-Analyses) 2020 Statement was used to ensure
the validity and reliability of the selection procedure [27]. The
PRISMA 2020 checklist can be found in Multimedia A ppendix
2 [28]. One investigator (LvD) searched for eligible studies.
Subsequently, the reference software program Endnote (Endnote
X7; Thomson Reuters) was used to remove duplicates. Two
investigators (LvD and LS) independently screened the titles
and abstracts of the articles to identify relevant studies. Next,
full texts of the potentially relevant articles were assessed.
Discrepancies between investigators were mutually resolved
through discussion until a consensus was reached. Web-based
software Covidence (Veritas Health Innovation) [29] was used
for the screening process.

Data Selection and Extraction

Thefollowing intervention characteristics were extracted at the
application level (Multimedia Appendix 3[7-13,21,30-106]):

« Summary of the intervention: a short description of the
intervention type (eg, web-based training modules) and
purpose.

« Functional category: the functional category classification
of the interventions was based on CEN (Comité Européen
de Normalisation)-1SO (International Organization for
Standardization) DTS (Draft Technical Specification)
82304-2:2020 [107]—a document providing quality
requirements for health applications. The following
categories were distinguished: (1) inform; (2) simple
monitoring, to allow users to record health parameters to
create health diaries; (3) communicate, to allow 2-way
communication; (4) preventive behavior change, to change
intended user behavior, such asrelated to smoking or sexual
health; (5) self-management, to help persons with specific
health issues to manage their health; (6) treat, to provide
treatment for specific health issues or to guide treatment
decisions; (7) active monitoring, to automatically record
information for remote monitoring; and (8) diagnose, to
use data to diagnose health issues.

- Type of eHealth: the classification of the type of eHealth
of theintervention was based on the categorization of Nictiz
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[26], a Dutch knowledge center for national applications
of information and communications technology in health
care [108]: (1) web application or web portal (offered via
a web browser, place, and time-independent), (2) maobile
app (available on a smartphone), (3) heath sensor (to
measure vital bodily functions) or health gateway (to collect
and transmit data from heath sensors to medical
professionals) or wearable devices (health sensors carried
on the body), (4) electronic health records or personal health
records, and (5) video communication tools.

- Intended setting to use the intervention: primary care,
secondary care, or community

- Target population: type of cancer, demographics (gender,
age, and nationality), and specific characteristics (eg,

smokers)
«  Support of health care professional: yes or no, with an
explanation

« Useof theory in the development of the intervention: yes
or no, with an explanation

- Stakeholder involvement in the development of the
intervention: yes or no, with an explanation

Information on research methods and outcomes was extracted
at the study level for each empirical evaluation study. More
specifically, we extracted information on the study design and
objective, the number of participants included at baseline,
description of the control group (if applicable), data collection
period, study measures, and outcomes. Study outcomes were
classified using the Triple Aim [23]. The Triple Aim describes
an approach to improve health system performance by focusing
on the following:

1. Improving the health of populations

2. Improving patient experience (including quality,
patient-centeredness, safety, and timeliness of care)

3. Reducing the per capita cost of health care [23]

We used the framework by Struijs et a [109,110], who
elaborated on thismodel by breaking down the 3 aimsinto more
concrete dimensions (Textbox 1).

Furthermore, a quality appraisal was conducted for each
empirical evaluation study using the Effective Public Health
Practice Project Quality Assessment Tool for Quantitative
Studies[111]. Thistool has been reported to have construct and
content validity [112,113]. Furthermore, the tool can be used
to gaininsight into the quality of different study designs, making
it easier to compare the results of the quality appraisal in this
review. Thistool assesses 6 components: (1) selection bias, (2)
study design, (3) confounders, (4) blinding, (5) data collection
methods, and (6) withdrawals and dropouts. Each component
can be rated as strong, moderate, or weak based on the
guidelinesfor thetool. Based on the ratings of each component,
thetool allocates an overall methodological scorefor the study:
strong, moderate, or weak.
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Textbox 1. Overview of levelsin Triple Aim based framework by Struijs et al [109,110].

Population health:

o Hedlth outcomes

o Disease burden

. Behavioral and physiological factors
o  Participation

«  Functioning and quality of life

Quality of care:

o  Patient safety

o Effectivity

«  Responsiveness
o Timeliness

e  Support

o Accessihility

Per capita costs:

o Costsof care

e Volume

«  Organizational costs

«  Productivity loss

Finally, an overview of funding sources per article can befound
in Multimedia Appendix 4.

Customized data extraction sheets were developed for the
intervention characteristics and the study design, quality
appraisal, and study outcomes. To ensure consistency in data
extraction, one researcher (LvD) independently subtracted the
data of each study and a second researcher (L S) subtracted data
of a random sample of 15% of these studies. The interrater
agreement was 83.5%, which was considered good. Data were
narratively synthesized in 2 sections. Thefirst section discusses
the intervention characteristics of the identified interventions.
The second section discussesthe study design, quality appraisal,
and empirical study outcomes.

Results

Study Selection and Char acteristics

Figure 1 shows the flow diagram of the study selection. We
identified 577 articles, and reference tracking yielded an

https://cancer.jmir.org/2022/2/e37093

RenderX

additional 31 peer-reviewed studies. Removal of duplicates
resulted in 364 publications. After screening the records and
assessing the full-text articles, 85 articleswere included in this
review. Multimedia Appendix 5 lists excluded studies in the
full-text screening stage.

The resulting 85 included articles described 38 unique
interventions. An empirical evaluation of eHealth interventions
in cancer care was performed in 26 of these 85 articles. These
26 evaluation studies evaluated 18 of the 38 identified eHealth
interventions, as in some cases, multiple articles evaluated the
same intervention.

The main characteristics of the interventions are described in
the subsequent section to provide an overview of available
eHealth interventionsin cancer care and their characteristics as
described in the scientific literature (the first study aim). The
described intervention characteristics are purpose, functional
category, type of eHealth, setting, target population, support of
health care professionals, and the use of theory.
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Figure 1. Study selection flow diagram according to PRISMA (Preferred Reporting Items for Systematic Reviews and Meta-Analyses) 2020 [27].
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I ntervention Purpose

Theincluded interventions had a broad range of purposes, such
as supporting decision-making (eg, decision aids),
communicating with health care professionals, monitoring
patient-reported outcomes, and participating in online support
communities. Almost half of the interventions targeted
psychosocial factors (eg, cognitive or sexual functioning and
psychological adjustment) or problems (eg, smoking, drinking
behavior, depression, and anxiety). Approximately two-thirds
of these psychosocia interventions aimed to reduce general
psychosocial issues or psychological complaints or foster
patients' self-efficacy or disease coping.

Functional Category, Type of eHealth Intervention,
and Setting

The interventions had various functions, in some cases, more
than one. The most common functions were inform (n=35),
self-manage (n=14), treat (n=11), and preventive behavior
change (n=7). Most interventions were web applications or web
portals (n=34) or mobile apps (n=7). Most of the interventions
were used in secondary care (n=32).

https://cancer.jmir.org/2022/2/e37093

Target Population

Approximately half (17/38, 45%) of the interventions targeted
the general population of patients with cancer or survivors,
whereas otherstargeted a specific type (15/38, 39%) or multiple
types (6/38, 16%) of cancer. A total of 14 interventions were
aimed at patients or survivors with specific demographics,
namely age (eg, young adultsor older adult patients; 4/38, 10%),
origin (Turkish-Dutch or Moroccan Dutch migrants; 1/38, 3%),
or gender (9/38, 24%). The latter interventions were often
specifically designed for female patients with or survivors of
breast cancer (8/38, 21%). A total of 8 interventions targeted
patients or survivors with specific clinical characteristics (eg,
smokers and patients with depressive symptoms). Finally, 3
interventions focused on patients with a specific disease severity:
stable lower-grade glioma (1/3, 33%) and patients treated with
palliative intent (2/3, 67%).

Support of Health Care Professionals and Use of
Theory
Support from a health care professional was possible in 55%

(21/38) of theinterventions. Support comprised, among others,
web-based support from acoach [30,31], weekly feedback from
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ahealth care provider [32-34], and tel econsultation with a health
care provider [35,36]. Approximately 60% (23/38) of the
interventions were theory-based, using, for example, principles
from cognitive behavioral theory and the theory of planned
behavior.

More detail s on the intervention characteristics can be found in
Multimedia Appendix 3.

Characteristics of theempirical studiesand the study resultsare
described in the subsequent sections to provide an overview of
the empirical evidence regarding the impact of eHealth
interventions in cancer care on population health, quality of
care, and per capita costs, the Triple Aim domains (the second
study aim).

Description of Empirical Studies

General Characteristics

Table 1 shows the characteristics of the 26 available studies
that evaluated 18 different interventionsfor Dutch patientswith
or survivors of cancer. Approximately 88% (23/26) of the
studies were randomized controlled trials, 8% (2/26) were
prospective controlled triadls, and 4% (1/26) were a
before-and-after design. The control condition involved either

https://cancer.jmir.org/2022/2/e37093
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usua care (9/26, 35%), being placed on a waiting list to
participate after the research period ended (2/26, 8%), a
combination of usual care and being placed on a waiting list
(9/26, 35%), or receiving another intervention (5/26, 19%). In
one study, no control group was used (1/26, 4%). Most studies
used 1 (4/26, 15%), 2 (7/26, 27%), or 3 (12/26, 46%) follow-up
measurements. One study had 4 follow-up measurements (1/26,
4%) and one did not have follow up measurements (1/26, 4%).
The measurement period ranged from 1 week to 1 year after
baseline measurement. The average number of patients who
participated in the study was 250 (SD 181; range 34-625).

Quality Appraisal

A moderate globa rating for the quality of evidence was
assigned to 16 studies. Six studies were assigned aweak global
rating and 4 received a strong global rating. Selection bias was
likely present in most studies (18/26, 69%). Most studies were
considered to have a low risk of bias concerning the study
design, confounders, and data collection. Moderate risk was
identified for the majority of studies on the blinding component.
Scores for the component withdrawals and dropouts varied
considerably. Details can be found in Multimedia Appendix 6
[21,30,32,36-58].
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Intervention

Study design

Participants

Study aim

Description of the
control group (CG)
usual care (UC)

Datacollection period

Cancer aftercare guide (Kanker Nazorg Wijzer [KNW])

Study 1 [37] RCTa
Study 2 [38] RCT
Study 3 [39] RCT
Study 4 [40] RCT

OncoCompass (OncoK ompas)

Study 1 [41] RCT

Study 2 [42]

tion

Transmural Oncological Support (TOS)

Study 1 [43] pPCT®

Study 2 [44] PCT

Everything under control RCT
(Alles onder controle)
(31]

Prostate cancer decision RCT
aid (Prostaatkanker
keuzehulp) [45]

RCT and eco-
nomic evalua-

Total (N=462), 1C° (n=231),

CG (n=231)

Total (N=462), IC (n=231),
CG (n=231)

Total (N=462), IC (n=231),
CG (n=231)

Total (N=462), IC (n=231),
CG (n=231)

Total (N=625), IC (n=320),
CG (n=305)

Total (N=625), IC (n=320),
CG (n=305)

Total (N=36)

Total (N=184), IC (n=145),
CG (n=39)

Total (N=115), gliomainter-
vention group (n=45), glioma

waiting list control group
(GWL; n=44), non—central

nervous system (CNS) cancer

control group (n=26)

Total (N=336), IC (n=235),
CG (n=101)

Present short-term effects
of the Cancer Aftercare
Guide (KNW) on QoL
anxiety, depression and fa-
tigue

Explore the influence of
gender, age, educational
level, and treatment type
on intervention effective-
ness

Assess the short-term ef-
fects of the KNW on
lifestyle outcomes

Examine the long-term ef-
fects of the KNW on mod-
erate physica activity and
vegetable consumption

Evaluate the efficacy of
Oncokompas OncoKom-
pastoimprove knowledge,
skills, and confidence for
self-management among
survivors of different can-
cer types

Evaluate the cost-utility of
Oncokompas compared
with usual care among
cancer survivors

Determinethe use, appreci-
ation, and effectiveness of
an eHealth information
support systemin head and
neck cancer care

Investigate whether
telemedicine could be ben-
eficia to the quality of life
of patients with cancer

Evaluate the effects of the
intervention on depressive
symptomsin adult patients
with glioma

Compare patients' evalua-
tion of treatment decision-
making process in local-
ized prostate cancer be-
tween counseling includ-
ing an online decision aid
(DA) and standard counsel-
ing

Usual careand a
waiting list

Usual careand a
waiting list

Usual careand a
waiting list

Usual careand a
waiting list

Usual careand a
waiting list

Usual careand a
waiting list

N/AS

Usual care

GWL patients: a
waiting list. Non-
CNS cancer con-
trol group patients:
regular interven-
tion

Usual care

BMY, follow-up at 3
months, 6 months, and
1year

BM, follow-up at 3
months, 6 months, and
1year

BM, follow-up at 3
months, 6 months, and
1year

BM, follow-up at 3
months, 6 months, and
1year

BM, follow-up post
intervention, and at 3
months and 6 months

BM, post intervention,
and 3 months and 6
months follow-up

BM, follow-up at 6
weeks

BM, follow-up at 6
weeks and 3 months

BM, follow-up at 6
and 12 weeks, 6
months, and 12
months

BM, follow-up 1
week after theindicat-
ed date of the next
consultation
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Intervention Study design Participants Study aim Description of the  Datacollection period
control group (CG)
usual care (UC)
Lesstired (Minder Moe) RCT Total (N=167), IC1 (ambu-  Reportontheclinica effec- Other intervention: BM, follow-up at 2
[32] lant activity feedback [AAF]; tiveness of AAF and eM-  psycho-educational  weeks, 3 months, 6
n=62), IC 2 (Minder Moe; BCT inreducing fatigue  mails months, and 12
n=>55), CG (psychoeducation;  severity and improving months
n=50) mental health in severely
fatigued cancer survivors,
compared with psychoedu-
cation
Lesstiredfor anxietyand RCT Total (N=245), IC 1 (mindful- Compare MBCT and eM- Usual care BM, posttreatment, 3
depression complaints ness based cognitive therapy  BCT with treatment as months and 9 months
[46] [MBCT]; n=77),1C 2 (eM-  usual for psychologica posttreatment
BCT; n=90), CG (treatment  distressin patients with
as usua [TAU]); n=78) cancer
BREATH [47] RCT Total (N=150), IC (n=70), Study whether careasusu-  Usual care BM, follow-up at 4, 6,
CG (n=80) a plus BREATHY can ef- and 10 months
fectively target negative
and positive adjustment
Less fear after cancer RCT Total (N=262), IC (n=130), Evauatethe cost-effective- Usual care BM, follow-up at 3
(Minder angst bij kanker) CG (n=132) ness of aweb-based months and 9 months
(48] CBT"-based self-help
training in reducing fear of
cancer recurrence (FCR)
in women with curatively
treated BC
OncoActive [49] RCT Total (N=478), IC (n=249), Gainingghtintotheefficaa Usua careanda  BM, follow-up at 3
CG (n=229) cy of theinterventionto ~ waiting list and 6 months
increase PA
PatientTIME [50] RCT Total (N=97), IC (n=63), CG Evaluateif and in what A waiting list BM, follow-up at T1
(n=34) way patients benefit from (exact timing unclear)
PatientTIME and if it en- and 3 months after
hances their confidence in participation
clinical communication
ENCOURAGE [5]] RCT Total (N=138), IC (n=70), Examine the effectiveness  Usua care BM, follow-up at 6

CG (n=69)

Cancer, intimacy, and sexuality (kanker, intimiteit en seksualiteit)

Study 1[52]

Study 2 [53]

Home monitoring tool
for adequate pain treat-
ment [54]

EvaOnline

RCT

RCT

Before-and-af-
ter design

Total (N=169); IC (n=84),
CG (n=85)

Total (N=169). Only the IC

group istaken into account in

this study: n=84

Total (N=108), IC (n=54),
CG (n=54)

of the intervention to em-
power BC patients to take
control over prevailing
problems

Evaluate the effect of the
intervention on sexual
functioning and relation-
ship intimacy in BC sur-
vivorswith sexua dysfunc-
tion

Evaluate the long-term ef-
ficacy of theintervention
for sexual dysfunctionsin
BC survivors

Assesswhether hometele-
monitoring increased regis-
tration of pain in medical
records of patientsvisiting
a Dutch teaching hospital

Other intervention:
receive aninforma-
tion booklet on
sexuality issuesaf-
ter BC treatment

Other intervention:
receiveaninforma
tion booklet on
sexuality issuesaf-
ter BC treatment

Usual care

and 12 weeks

BM, follow-up at 10
weeks after the start
of therapy and post
therapy, at 3and 9
months

BM, follow-up at 10
weeks after the start
of therapy and post
therapy, at 3and 9
months

The authors analyzed
medical records from
thefirst 3 visits (ato-
tal of 162 visits)
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Intervention Study design Participants Study aim Description of the  Datacollection period
control group (CG)
usual care (UC)

Study 1 [21] RCT Total (N=254), IC1(n=85), Evauatetheefficacyofan Usua careanda  BM, follow-up at 10
IC 2 (n=85), CG (n=84) iCBT programinwomen  waiting list weeks and 24 weeks
with BC trestment-induced
menopausal symptoms

Study 2 [55] RCT andeco-  Total (N=254), IC1(n=85), Evauatethe cost-utility, = Usual careanda  BM, follow-up at 10
nomic evalua=  1C 2 (n=85), CG (n=84) cost-effectiveness, and waiting list weeks and 24 weeks
tion budget impact of both

iCBT formats compared
with awaiting list control
group
Home-based exercise intervention
Study 1 [56] RCT Total (N=34), IC (n=23), CG Present adetailed evalua- Other intervention: BM, follow-up at 6
(n=11) tion of theinterventionre- 2 brochureswith ~ months

garding accrual, attrition, lifestyle advise
adherence, safety and pa-

tient satisfaction
Study 2 [57] RCT Total (N=34), IC (n=23), CG Explorethepossibleim-  Other intervention: BM, follow-up at 6
(n=11) pact of an exerciseinter- 2 brochureswith  months

vention on cognitivetest  lifestyle advice
performance and patient-

reported outcomesin pa-

tients with glioma

My-GMC [58] RCT Total (N=109), IC (n=59), Evaluate the efficacy of Usual care BM, follow-up at 1
CG (n=50) the intervention week, 3 months, and
6 months

Teleconsultation for pa=  RCT Total (N=74),1C (n=38), CG Determinewhether weekly Usual care BM, at 4 weeks, 8
tientsreceiving palliative (n=36) teleconsultationsimproved weeks, and 12 weeks
home care [36] patient-experienced symp-

tom burden compared with

“care as usual”

8RCT: randomized controlled trial.
B1C: intervention condition.

QoL : quality of life.

9BM: baseline measurement.

€PCT: prospective clinical trial.
'N/A: not applicable.

9BREATH: breast cancer eHealth.
hcBT: cognitive behavioral therapy.

[21,30,32,36-58]). An overview of the domainsand dimensions
Study Outcomes measured per study can be found in Multimedia Appendix 8
Most studies measured at least one dimension within either the  [21,30,32,36-58]. The outcomes are described by dimensionin
population health or quality of care domain (23 and 24 studies, subsequent sections. Unless stated otherwise, significant
respectively). between-group differences were described by comparing the

Three studies measured at least one dimension within the per  INtérvention and control groups.

capita costs domain (Table 2 and Multimedia Appendix 7
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Table 2. Overview of the found effects per empirical evaluation study (randomized controlled trial [RCT] studies, prospective clinical trial [PCT]
studies, and before-and-after design studies are study designs).

Intervention

Results?

RCT studies

Cancer aftercare guide (Kanker Nazorg Wijzer)

Study 1[37]

Study 2 [38]

Study 3 [39]

Study 4 [40]

OncoCompass (OncoK ompas)

Study 1 [41]

Study 2 [42]

Everything under control (Alles onder
controle) [31]

Prostate cancer decision aid
(Prostaatkanker keuzehulp) [45]

Lesstired (Minder Moe) [32]

Lesstired for anxiety and depression
complaints [46]

BREATH [47]

e: After 6 months: Emotional functioning sig* b, Socidl functioning sig;* MTSsig.

g: After 6 months: Depression sig**; MT sig; ITT sig*. Fatigue sig*; MT sig; ITTdsig*.

h: Participantsin the IC who completed the 6-month measurement on average used 2.2 modules. Loss
to follow-up in the |C was 16.2%.

e After 12 months: Emotional functioning n.s. Social functioning n.s.

g: After 12 months: Depression n.s. Fatigue n.s.

h: Overall appreciation of the KNW is 7.48 (10-point scale).

c: After 6 months: Moderate PA sig;* MT n.s. vegetable consumption sig;* MT n.s. other PA outcomes
n.s.; MT n.s. other dietary outcomes n.s. smoking behavior n.s.

h: Lossto follow-up after 6 months was low (11.5%) vs mean percentage of dropouts (19.7%) of web-
based trials for cancer survivors.

c¢: After 12 months: moderate physical activity sig**. Vegetable consumption n.s.

h: Lossto follow-up in the |C was 45.5%.

b: The course of symptomsin head and neck cancer survivors, colorectal cancer survivors and high-
grade non-Hodgkin lymphoma survivors sig*. The course of symptomsin BC survivorsn.s.

e: HRQoL sig*.
0: Course of mental adjustment to cancer n.s.

h: Course of supportive care needs n.s. Patient-physician interaction over time n.s. Self-efficacy n.s.
Personal control n.s. Patient activation n.s. In the IC, 78% activated their account and 52% used the in-
tervention as intended.

h: Thelossto follow up in the IC was 36%.
|: OncoCompassis likely to be equally effective on utilities and not more expensive than usual care.

e: Physical health after 12 months ITT and protocol anaysisn.s.

g: After 6 weeks: Depression (Gl vs GWL group and Total glioma group vs non-CNS cancer group)
n.s. Fatigue (Gl vs GWL group) sig*. After 12 weeks. depression n.s. Fatigue n.s. Other measures (Gl
vs GWL group) n.s.

h: Most patients said they had benefitted from participating (73% glioma; 67% non-CNS), and the program
was useful (92% in both groups) and informative (86% glioma; 92% non-CNS). The participation rate
was 40%. The adherence of the |C was 85% for the introduction and 77%, 52%, 40%, 37%, and 35%
for modules 1 through 5, respectively.

h: Satisfaction with information sig*. Involvement n.s. Decisiona conflict n.s. Knowledge scoresn.s.
Subjective knowledge sig**. Objective knowledge n.s.

0: Fatigue severity sig*. Psychic complaints n.s. Positive and negative affect n.s.

h: The proportion of participants who dropped out before completing 6 weeks of the protocol was 18%
in the AAF condition, 38% in the eMBCT, and 6% in the psychoeducation condition.

b: Psychiatric diagnosis n.s.

c¢: Mindfulness skills sig*.

e Mental HRQoL sig*. Positive mental health sig*. Physical HRQoL n.s.

g: Psychological distress sig**. Fear of cancer recurrence sig*. Rumination sig*.

h: 90.9% started MBCT and 92.2% completed >4 sessions. 91.1% started eMBCT and 71 completed
>4 sessions. The dropout rate was higher in eMBCT than in the MBCT.

g: At T1: Distress sig*. 5 out of 7 negative adjustment variables (general and cancer-specific distress,
fatigue, and 2 fear of cancer recurrence outcomes) and 3 out of 10 positive adjustment variables (self-
efficacy, remoralization, new ways of living) sig*. Clinically significant improvement sig*. At T2 and
T3: Distress n.s. One negative adjustment variable (Fear of cancer recurrence) sig*. One positive adjust-
ment outcome (Acceptance) sig**. All other outcomes n.s.

h: At T1: Empowerment n.s. The frequency of logins ranged from O to 45. Total duration ranged from
0to 2.324 minutes.
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Intervention

Results?

Lessfear after cancer (Minder angst bij
kanker) [48]

OncoActive [49]

PatientTIME [50]

ENCOURAGE [51]

g: Fear of cancer recurrence ns
h: The dropout rate in the |C was 30%.

c: At 3 months: PA sig;* ITT sig.

e: At 3 months: Physical functioning sig;** ITT sig. HRQoL n.s. At 6 months follow-up: physical
functioning sig;* ITT n.s. HRQoL n.s.

g: At 3 months follow-up: Fatigue sig*. At 6 months follow-up: Fatigue sig**. Depression sig,” ITT
sig. Anxiety n.s.

h: Dropout rates were 4.4% at 3-month follow-up and 7.3% at 6-month follow-up.

h: System usability scale: 73 points (100-point scale), considered “good.” At T1 and T2: PEPPI score
n.s. The participation rate was 90%.

e At T2: QoL n.s.

g: At T1: Increased acceptance n.s. Other primary outcomes n.s. At T2: All outcomes n.s.

h: Usefulness score of the program 3.75 (5-point scale). At T1: Being better-informed sig*. At T2: n.s.
61% of the patients logged in more than once.

Cancer, intimacy, and sexuality (Kanker, intimiteit en seksualiteit)

Study 1 [52]

Study 2 [53]

EvaOnline
Study 1 [21]

Study 2 [55]

Home-based exerciseintervention
Study 1 [56]

Study 2 [57]

e At T1: Sexual desire sig**. Sexual pleasure sig**. Discomfort during sex sig**. Orgasmic function
n.s. Sexual satisfaction n.s. Sex frequency n.s. Relationship intimacy n.s. Marital functioning n.s. Health-
related quality of lifen.s. At T2: Overall sexual functioning sig*. Sexual desire sig**. Sexua arousd
sig**. Vaginal lubrication sig*. Sexual pleasure. Discomfort during sex sig**. Orgasmic function n.s.
Sexua satisfaction n.s. Sex frequency n.s. Relationship intimacy n.s. Marital functioning n.s. Health-
related quality of lifen.s.

g: At T1: Menopausal symptomssig**. Body imagesig**. Psychological distressn.s. At T2: Menopausal
symptoms n.s. Body image sig**. Psychological distressn.s.

h: The CBT was completed by 61.9% of women.

a Only time effect was taken into account as T3 and T4 assessments were completed only by the IC. At
T3 and T4: genera health positiveeffect was maintained.

e At T3 and T4: Sexual functioning, sexual desire, vaginal lubrication, sexual satisfaction, discomfort
during sex, sexual distress, marital sexual satisfaction positiveeffect maintained. Sex frequency, intellec-
tual intimacy, and sexua pleasure decreased over time. Marital satisfaction and other health-related
quality of life domains n.s. time effect.

g: At T3 and T4: Menopausa symptoms and body image positive effect maintained, quadratic effect
n.s. time effect. Distress n.s. time effect.

h: The CBT was completed by 61.9% of women.

e: Sexual functioning n.s. HRQoL n.s.

g: At T1: Both IC groups’ (guided and self-managed) perceived impact of HF and NS sig**. Guided
group overall levels of menopausal symptoms sig**. Both IC groups sleep quality sig**. Guided hot
flush frequency sig. Guided group night sweats frequency sig**. Psychological distress n.s.

h: Minimum compliance rate was 90.6% for the guided and 78.8% for the self-managed IC'’s.

I: The guided and self-managed iCBT are cost-effective. Self-managed iCBT isthe most cost-effective
strategy.

c: Self-reported physical activity at 6 monthssig*. BMI at 6 months n.s. Mean absolute VO, peak at 6
months n.s. Aerobic fitness at 6 months sig.

h: 16 (84%) patients evaluated the physical exercise program as good or excellent, and 4 as moderately
or sufficiently satisfactory. Mean adherence was 79%.

e: For attention, 4 measures (attentional inhibition, attention span, auditory selective attention, and
working memory) sig. Information processing speed sig. Sustained selective attention n.s. For memory,
immediate verbal recall sig. Two measures of executive function (auditory working memory and alter-
nating attention) sig. One of 2 measures of cognitive functioning sig. Mood sig. Mental health-related
quality of life sig. Brain cancer-specific health-related quality of life scalesn.s.

h: Lossto follow-up in the IC was 8.7%.
g: Two scales of fatigue (physical fatigue and reduced activity) sig. Sleep sig.
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Intervention

Results?

My-GMC [58]

Teleconsultation for patients receiving
palliative home care [36]

PCT studies
Transmural oncological support

Study 1 [43]

Study 2 [44]

¢: Medication adherence at T2 sig.

e Quality of lifeat al time pointsn.s.

g: Distress at al time points n.s. Cancer worry at al time pointsn.s.

h: Satisfaction with the online app was rated 2.8 (5-point scal€). Professional satisfaction with the video
GMCswas 2.7 (5-point scale). Empowerment at all time points n.s. The participation rate was 35%.

b: Symptom burden n.s.

g: Anxiety n.s. Depression n.s. All 3 subscales for continuity of care n.s.

h: Study outcome measures regarding GP contacts and complex interventions n.s. Mean number of unmet
needs n.s. The attrition rates were 61% in the |C and 53% in the CG.

m: Mean number of hospital admissions n.s.

h: The average score of al patients for the monitoring function was 8.0 (10-point scale). The average
score rated by 7 GPs of the electronic health information support system was 5.6 (10-point scale). The
participation rate was 66%. All patients used the system.

e: After theintervention: 5 of the 22 QoL subscales (state anxiety, fear related to specific head and neck
problems, physical self-efficacy, perceived abilitiesin swallowing and food intake, and genera physical

complaints) sig. At 3 months: 1 subscale (physical self-efficacy) sig*. Other subscalesn.s.
h: The participation rate in the IC was 66%, and 35 out of 39 patients completed all questionnaires.

Before-and-after design studies

Home monitoring tool for adequate
pain treatment [54]

g: Total number of “pain registrations’ in the medical records sig*.

#Triple Aim domains: a=health outcomes, b=disease burden, c=behavioral and physiological factors, d=Participation, e=Functioning and quality of life,
f=Patient safety, g=Effectivity, h=Responsiveness, |=Timeliness, j=Support, k=Accessibility, I=Costs of care, m=Volume, n=Organizationa costs,

o=Productivity loss.

b g=significant positive between-group difference in favor of 1C, P value unknown; sig* =significant positive between-group difference in favor of IC,
0<.05; sig**=significant positive between-group difference in favor of 1C, a<.01; ns=nonsignificant between-group difference in favor of IC.

®MT=controlling for multiple testing or comparisons;
4 TT=intention-to-treat anal ysis.

Population Health

A total of 23 studies measured at least one dimension within
the population health domain, and 6 studies measured the
dimension  behavioral and physiological factors
[39,40,46,49,56,58]. Positive effects were found for aerobic
fitness [56] and physical activity [39,49,56]; however, these
effectsdid not always hold after controlling for multipletesting
[39] or in follow-up studies [40]. There were also significant
effects on mindfulness skills [46] and medication adherence
[58]. No effects were found for smoking behavior [39,40],
physical fitnesslevel [56], and changesin BMI [56]. A total of
13 studies measured the dimension functioning and quality of
life[21,31,37,38,41,44,46,49,51-53,57,58]. Six studiesfocused
on daily functioning. The studies showed positive effects for
emotional and social functioning [37]; however, these effects
were not significant at follow-up [38]. Furthermore, positive
effectswerefound for physical functioning [49]; however, these
effectswere not significant after multipletesting [49]. One study
demonstrated positive effects on cognitive functioning [57].
Mixed effectswerefound in terms of sexua functioning [21,53].
Most studies measuring health-related quality of life did not
find positive effects (4/6, 67%) [21,41,44,49,51,58]. Positive
effects were found for mental health-related quality of life
[46,57] but not for physical health [31,46]. The dimensions
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health outcomes (n= 1) [ 53] and disease burden (n=3) [ 36,41,46]
were less prevalent, and the dimension participation was not
studied at all.

Quality of Care

A total of 24 studies measured at least one dimension within
the domain quality of care. Furthermore, 17 studies measured
the dimension effectivity [21,31,32,36-38,41,46-49,51-54,57,58) .
Most of these studies examined the effect of eHeath
interventions on psychologica complaints (n=12; eg,
depression, anxiety, and psychological distress). Of these 12
studies, more than half (7/12, 58%) did not find positive effects
[21,31,32,36,52,53,58]. Four studies found positive effects
[37,46,47,49]; however, no significant results were found in 2
studies that measured the follow-up effects[38,47]. Six studies
assessed positive or negative adjustment to cancer (eg, fear of
cancer recurrence, mental adjustment, and acceptance), and half
of them (3/6, 50%) found positive effects [41,46-48,51,58].
Except for one study, all studies measuring fatigue and sleep
quality found positive effects (6/7, 86%) [21,31,32,37,38,49,57];
however, in both studies, where follow-up effects were
measured, no significant resultswerefound [31,38]. All studies
measuring menopausal symptoms or body image found positive
effects[21,52,53]. Intotal, 7 studies measured outcomeswithin
the dimension responsiveness [36,41,45,47,50,51,58]. Mixed
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effects were found in studies measuring responsiveness in the
form of patient-physician interaction (eg, satisfaction with
information, patient-physician interaction over time)
[36,41,45,51]: 2 found positive effects [45,51] and 2 did not
[36,41]. In addition, 80% (4/5) studies measuring patient
involvement in the care process (eg, empowerment, patient
activation, self-efficacy, shared decision-making, and being
better informed) found positive effects [41,45,47,50,58]. The
interventions used different scales and outcome measures to
measure patients' and health care providers' experiences with
theintervention. The outcome measures were satisfaction rate,
usability, and overall appreciation. Overal, users were fairly
positive about their experiences with the intervention and gave
satisfactory ratings[31,37,43,50,51,56,58]. Participation in the
intervention was al so assessed using several outcome measures.
The most frequently used measurements were lossto follow-up
and participation rate. The loss to follow-up ranged from 8.7%
to 45.5% and the participation rate ranged from 35% to 90%
[21,31,32,36-53,56-58]. None of the studies measured the
dimensions patient safety, timeliness, support, or accessibility.

Per Capita Costs

Three studies measured a dimension within the domain per
capita costs [42,54,55]. Two studies [42,55] measured the
dimension costs of care, and both found through economic
evaluation that the intervention was likely to be equaly
cost-effective compared with care as usual. One study [54]
measured the dimension volume and did not find significant
effects. None of the studies measured the dimensions
organizational costs or productivity loss.

Discussion

Principal Findings

This systematic review is the first to provide an overview of
eHealth interventions in Dutch cancer care and use the Triple
Aim framework to examine the empirical evidence of these
interventions on population health, quality of care, and per capita
costs (the Triple Aim domains). The review focused on Dutch
cancer care; however, the results are aso relevant to other
Western countriesinvolved in digital carefor patients with and
survivors of cancer. A total of 38 interventions were identified,
and the results showed that most eHealth interventionstargeted
psychosocial factors or problems. In addition, interventions
were aimed at many different target groups, including the
genera population of patients with and survivors of cancer,
patients with a specific type of cancer, or patients who
experienced a specific problem, such as cancer-related fatigue
or smoking behavior. Few interventions were tailored to age,
gender, or disease severity. The most common intervention
types studied were web portals or web applications. These
function to inform and facilitate self-management. Other types
of interventions (eg, electronic health records or video
communication tools), functions (eg, communication or
diagnosis), and target outcomes (eg, communication with health
care professionals or access to electronic health records) were
rarely found.

Most outcome measures could be related to the Triple Aim
domains population health and quality of care, whereasthe per
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capita costs domain was largely neglected. Within the
population health domain, mixed effects were found regarding
the impact of eHealth on functioning and quality of life. Most
studies measuring behavioral and physiological factors found
positive effects. More specificaly, there was preliminary
evidence for the positive effects of eHealth interventions on
physical activity and aerobic fitness. None of the studies
considered the dimension participation, including outcome
measures such as socia inclusion. Within the quality of care
domain, eHealth interventions seemed effective in increasing
deep quality and decreasing fatigue, inlinewith ameta-analysis
showing that eHealth interventions effectively manage fatigue
in highly fatigued cancer survivors[114]. Findingsin terms of
positive and negative adjustment to cancer and psychological
complaints wereinconsistent. One of the measures that was not
considered was accessibility, which is worthy of mention as
there is increasing global awareness that eHealth should be
equally accessibleto different populations[115]. The per capita
cost dimension was largely neglected in the evaluation studies;
only 3 studies considered dimensions within this domain.

This study yielded several interesting findings. With 38
interventions in Dutch cancer care, there appears to be a wide
range of eHealth interventions for patients with and survivors
of cancer. It seems valuable that most interventions targeting
psychosocial factors or problems were aimed at general
psychosocial issues, psychological complaints, patients
self-efficacy, and disease coping. Recent research shows that
almost all cancer survivors are affected by fatigue [116], 1in 2
patients with cancer is significantly distressed, and 47% have
problems getting around [117]. In contrast, few interventions
focused on pain from cancer, which is experienced by half of
the patients with cancer during active treatment and 65% of the
patientswith advanced disease [118]. Some common symptoms
of active treatment, such as vomiting, nausea, and constipation
[119], were not considered. The lack of tailored interventions
according to age, gender, or disease severity is noteworthy as
subgroups within these categories are likely to have different
preferences and needs. For example, older patients may find it
more challenging to use eHealth interventions[120]. In addition,
patients in different stages of the disease may have different
needs as far as information and support are concerned [14].

We found that most interventions consisted of a specific type
(web portals or web applications), function (information
provision or facilitation of self-management), and target
outcome (psychosocial factors or problems). We assume that
besides the interventions we identified, more eHealth
interventions are being devel oped and used by patients with or
survivorsof cancer. Theseinterventionsarelikely to be designed
or evaluated for a broader target population than patients with
and survivors of cancer alone. For example, multiple studies
have evaluated the general use of electronic health records and
patient portalsin academic hospital swithout targeting aspecific
patient population [121-124]. Our search strategy included only
patients with or survivors of cancer as a critical criterion;
therefore, our search results did not include theseinterventions.
As aresult, the number of interventions available for patients
with and survivors of cancer may be more significant and
versatile than the results of this review.
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Another interesting finding is that the results of the evaluation
of study outcomes are mainly in line with the literature. For
example, several meta-analyses have been conducted to examine
the effect of eHealth on the quality of life of patients with or
survivors of cancer do find a statistically significant effect
[114,125], while othersdo not [126,127]. These mixed findings,
which we also found in the review, can be explained by the fact
that quality of lifeisamultidimensional variableinfluenced by
multiple factors [128]. The current inconsistent findings for
psychological complaints and adjustment to cancer were also
found in a previous meta-review, which found inconsistent
results for the effect of eHealth on psychological well-being,
depression, and anxiety in patients with cancer [14]. When
interpreting the study results, it is important to remember that
many eHealth interventions are not implemented in daily
practice. In addition, many expected benefits of such
interventionsare not realized in daily clinical practice[129,130]
asthey are not being used asintended [131,132]. The latter has
several root causes such as lack of trust and digital literacy
[133]. The suboptimal use of eHealth interventions in daily
practice is a significant problem that future research needs to
address.

Finaly, it is notable that some domains and dimensions are
primarily omitted from the studies, such as per capita costs and
participation. The scarcity of per capita cost-related study
outcomesisin line with previous research on the effectiveness
of eHealth interventions in cancer detection, treatment, and
survivorship care [134]. As health care costs are increasing in
most countries, organizations are actively trying to develop
solutions to curb health care expenditures while maintaining
access to and harnessing the quality and safety of health care
[135]. Digital health care is often viewed as a solution to
increasing health care costs. Evaluating eHealth interventions
is relevant for adequate resource alocation decisions and
designing services for competing heath interventions and
limited resources. Participation is also an essential theme for
eHealth because eHealth interventions can either foster social
inclusion or create new risksof social exclusion (eg, for digitally
illiterate patients) [136]. In future studies, it will be essentia to
consider the needs of patients at risk of social exclusion when
developing and evaluating eHealth interventions.

Limitations

This review had some limitations. First, this review may not
have included all available eHealth interventions, as not all
availableinterventions have been scientifically evaluated. Gray
literature and ongoing studiesin tria registrieswere not included
in this review, nor were experts consulted nor the authors
contacted. Second, the Triple Aim framework used inthisreview
provides a comprehensive overview of the domains and
dimensions. However, creating an objective distinction between
different dimensions was not always possible. For example, an
outcome measure such as improved sleep quality could be
classified as effectiveness or behavioral or physiological factors.
Hence, categorizing outcome measuresinto different dimensions
was, to some extent, subjective. Third, for each category of
study outcomes, we examined only a small number of studies
that evaluated the impact of the intervention on the outcome.
Publication bias was not investigated in this study. Therefore,
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we should be cautious about the conclusions drawn regarding
the impact of eHealth interventions on certain subdimensions.
Finally, the study protocol was not registered.

Future Research

Future research should examine the dimensions of the Triple
Aim that have rarely or not been taken into account in previous
research, such as participation and accessibility. Furthermore,
studies should examinein further detail what explainsthe mixed
results for studies measuring specific dimensions such as
functioning and quality of life. Thiscould be done, for example,
in experimental studies examining the effect of particular
intervention characteristics on the Triple Aim domains. Further
research is needed to increase our understanding of how different
intervention characteristics influence intervention outcomes
and the underlying causal mechanismsthat cause an intervention
to be effective. Interventions aimed at coping with pain were
rarely found. eHealth interventions such as digital training to
develop pain coping skills and pain management apps
custom-made for patients with cancer have proven feasible and
effective in decreasing pain [137,138]. Future research should
explorethe potential of suchinterventionsin the Dutch context.
Furthermore, this review may be repeated in other countriesto
compare the intervention characteristics and outcomes of
eHealth interventionsin cancer careinternationally, facilitating
learning and sharing best practices. Finally, thisreview focused
on specific eHealth interventions in cancer care. Research on
the structural embedding of eHealth interventions in care
processes is essentiad for optimaly deploying these
interventions. Therefore, future research can examinelocal care
pathways to identify new possibilities for eHealth to address
challenges and needs across existing care pathways. Potentially,
theseinsights may lead to new care pathwaysto optimize cancer
care quality. Conclusions

Most of the 38 interventions in this review included eHealth
interventions for patients with or survivors of cancer in the
Dutch hedlth care system consisting of a specific type (web
portals or web applications), function (information provision
and facilitation of self-management), and target outcome
(psychosocia factors or problems). Almost none of the
interventions were tailored to the needs of patients with or
survivors of cancer based on age group, gender, or disease
severity. The Triple Aim domains population health and quality
of care have been studied thoroughly, whereas the domain per
capita costs is understudied. Most of the included evaluation
studies were assigned a moderate quality appraisal score, and
selection bias was likely present in most studies. Our results
indicate that eHealth could benefit patients and survivors by
improving sleep quality, reducing fatigue, and increasing
physical activity. Further research isneeded to fully understand
the effect of eHealth on aspects such as participation (in the
form of social inclusion), accessibility, and the effect on quality
of life, patient behavior, physiological health, psychological
well-being, and per capita costs. Finally, more economic
evaluation of eHedth interventions is required. Overall,
continuing a halistic evaluation of eHealth interventions in
cancer care will be critical to improve population health,
enhance the quality of care, and decrease per capita costs.
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Abstract

As technology continues to improve, health care systems have the opportunity to use a variety of innovative tools for
decision-making, including artificial intelligence (Al) applications. However, there has been little research on the feasibility and
efficacy of integrating Al systems into real-world clinical practice, especially from the perspectives of clinicians who use such
tools. In this paper, we review physicians' perceptions of and satisfaction with an Al tool, Watson for Oncology, which is used
for the treatment of cancer. Watson for Oncology has been implemented in several different settings, including Brazil, China,
India, South Korea, and Mexico. By focusing on theimplementation of an Al-based clinical decision support system for oncology,
we aim to demonstrate how Al can be both beneficial and challenging for cancer management globally and particularly for
low-middle-income countries. By doing so, we hope to highlight the need for additional research on user experience and the
unique social, cultural, and political barriers to the successful implementation of Al in low-middle-income countries for cancer
care.

(JMIR Cancer 2022;8(2):€31461) doi:10.2196/31461

KEYWORDS

artificial intelligence; cancer; low-middle-income countries; physicians; perceptions; Watson for Oncology; implementation;
local context

https://cancer.jmir.org/2022/2/€31461 JMIR Cancer 2022 | vol. 8 | iss. 2 |€31461 | p.41
(page number not for citation purposes)


mailto:semani1@partners.org
http://dx.doi.org/10.2196/31461
http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

Introduction

The last several decades have witnessed the rapid growth of
artificial intelligence (Al) applications in hedth care. Al is
considered to comprise areas like machine learning, natural
language processing, expert systems, and image and signal
processing [1]. One group, who cited a study from Global
Market Insights, noted that the use of Al in health care was
expected to grow annually from 2016 to 2024, with expenditures
increasing from US $760 millionin 2016 to over US$10 hillion
in 2024 [2]. In a 2020 study, Global Market Insights noted that
the Al in the health care market exceeded US $4 hillionin 2020
and would grow at a compound annua growth rate of 33.7%
between 2021 and 2027, with an expenditure of US $34.5 hillion
in 2027 [3]. Thismarket growth has been accompanied by both
national initiatives for Al and the rapid growth of academic
literature on the use of Al in health care. For example, inIndia,
an“Al for All” policy was established along with NITI (National
Ingtitution for Transforming India) Aayog—a Government of
Indiathink tank for formulating a national strategy for Al [4].
A bibliometric analysis of the literature reported in the Journal
of Medical Internet Research found agrowth rate of 45.15%in
publicationsfrom 2014 to 2019, with 70.67% of all publications
occurring in the same period [5]. This analysis also found the
following top five health problemsin the publications (in order
of frequency): cancer, depression, Alzheimer disease, heart
failure, and diabetes. Another review of Al applicationsin health
care found the following areas of focus in the applications:
sepsis, breast cancer, diabetic retinopathy, and polyps and
adenomas [6]. Additionally, this review noted that the
implementation of Al applicationsin real-world clinical settings
isnot widespread. Another recent review with afocus on patient
safety outcomes also noted the lack of Al applications in
real-world settings[7]. These articles, and othersin the Journal
of Medical Internet Research and elsewhere, have started to
capture the use and role of Al in health care [8-11].

In this viewpoint, we contribute to this growing literature by
detailing  physicians  experiences with an Al
application—Watson for Oncology (WfO)—in the treatment
of cancer. Physicians' experiences with WfO are especially
relevant, as the application has been implemented in diverse,
real-world social and cultural settings. Our summary of
physicians experiences with WfO relies on the extensive,
published literature on thistopic. After we describe physicians
experiences with WfO, we comment about the opportunities
and challenges associated with using Al for cancer care in
low-middle-income countries (LMICs).

The WTO Clinical Decision Support
System Tool

WIfO isatherapeutic oncology clinical decision support system
(CDSS) that was trained by experts from the Memorial Sloan
Kettering Cancer Center [12]. WfO uses both natural language
processing and machine learning to process structured and
unstructured data about patients with cancer and generate
therapeutic options based on available evidence [13]. WfO
provides 3 categories of therapeutic options. “recommended”
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treatments are those that adhere to the preferred training
approach of the Memorial Sloan Kettering Cancer Center,
treatments “for consideration” refer to alternative trestments
based on evidence, and “ not recommended” treatmentsrefer to
those that are not appropriate for certain patients [14]. Many
early adopters of WfO measured the degree to which WfO
therapeutic options were concordant with either clinical practice
or the decisions of a multidisciplinary tumor board. WfO
concordance rates varied widely across countries for many
reasons, including differencesin standard treatment guidelines,
resource availability, and physician or patient preferences[15].
It iswell recognized that concordance studies do not measure
system accuracy but instead assess agreement with decisions
made in practice, which may or may not reflect evidence-based
decisions[16].

In this viewpoint, we focus on physicians' perceptions of and
satisfaction with WfO. We believe that an evaluation of
physicians' perceptions of this Al tool will provide valuable
insights for the successful implementation of Al-based CDSSs
for cancer treatment, especialy in LMICs. Additionally, little
isknown about how physicians perceive the use of Al toolsfor
cancer treatment. We present physicians perceptions of the
advantages of, as well as the disadvantages and concerns with,
Al in areal-world setting. Our summary relies on published
literature on physicians' perceptions of WfO implementation
inanumber of countries, including China, India, Mexico, South
Korea, and Thailand. Multimedia Appendix 1 provides a
comprehensive list of the studies on WfO [13-74].

Advantages

The positive perceptions of WO relate to the system’s ability
to aid clinicians during the therapeutic decision-making process
by quickly providing relevant scientific evidence. In China, a
satisfaction survey, which was completed by 51 oncologists
who used WfO, found that 86.3% of oncologists approved the
quality of WfO and 88.2% approved the comprehensibility of
WfO's treatment options, justifications, and external literature
[17]. The clinicians rated WfO highly in terms of its ability to
provide evidence-based medicine medical education (score:
8.1/10) and literature assistance (score: 7.7/10), assist in medical
care quality control (score: 7.3/10), act as a second-opinion
consultation resource (score: 7.0/10), perform case reviewswith
a tumor board (score: 6.9/10), and provide decision support
(score: 6.4/10). Overall, the oncologists recommended using
WfO asaCDSSto other clinicians (score: 7.3/10). At Shanghai
Tenth People’s Hospital, the multiple disciplinary team (MDT)
also used WfO and found that their treatment plans became
“more standardized, reasonable, and personalized” [18].

WfO'’s ability to compare treatment options was tested in
Mexico, where it was used for a total of 100 patient cases
involving lung, breast, gastric, colon, and rectal cancers
diagnosed within the last 5 years [19]. In terms of perceived
utility, oncologistsfound WfO to be* very useful” in comparing
treatment options. They reported that WfO might be especially
valuablefor individuals, such asmedical studentsand residents
who lack oncology experience, as well as clinics that do not
have enough subspecialists. Several implementations of WfO
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in China indicate the role of WfO in enhancing the learning
experience and efficiency of physicians, particularly junior
physicians, and the facilitation of better diagnoses and treatment
recommendations [20,21]. This perspective was aso
substantiated by students from Taipel Medical University
Hospital in Taiwan who had limited clinical experience; by
using WO, they performed better on their colon cancer learning
assessment than their peerswho used traditional search methods
and were more clinically experienced [22]. The study a so found
that students with less clinical experience felt that WfO was
“clearer and more understandable” than information found
through traditional methods.

WfO's links to recent and relevant scientific information may
provide treatment information that clinicians may not know. In
India, an MDT changed their treatment recommendations for
136 of 1000 cases of breast, lung, colon, and rectal cancers
because of the data provided by WfO [23]. For 55% of those
cases, WfO provided recent evidence of newer treatments. For
30% of the cases, WfO provided new information about
genotypic and phenotypic data. For 15% of the cases, WfO
provided information on evolving clinical experiences, which
influenced the MDT to change their treatment decisions. These
results demonstrate the potential of WfO to positively impact
cancer outcomes by providing scientific evidence and up-to-date
information on clinical guidelines. In a separate study that
focused on adjuvant systemic therapy for breast carcinoma,
treatment decisions were changed for 4 of 11 patients after the
MDT reviewed WfO's recommendations and EndoPredict
(Myriad Genetics Inc) test reports [24]. WO was able to aid
cliniciansin providing personalized cancer carewhile addressing
the difficulties of staying informed on evolving cancer
guidelines and studies.

Another aspect that must be considered is whether WfO can be
useful asa CDSS. At the Instituto Cancer do Ceard in Brazil, a
majority of oncologists chose the “agree” or “strongly agree”
option for statements that were used to confirm if WfO meets
the “CDS Five Rights’ criteria [25]. The “CDS Five Rights’
contain clinical quality criteriafor determining if a CDSS offers
benefits that are optimal for a given setting [75]. In the study,
6 of the 7 oncologists at the Instituto Cancer do Ceara believed
that WfO provided relevant information that resulted in action
being taken and presented the information in a manner that
positively aligned with their individual workflows. Further, 5
oncologists agreed that the additional detailsfor each treatment
option were easily comprehensible, and 4 oncologists agreed
that WfO exceeded their expectationsasa CDSStool for patient
management.

Disadvantages and Concerns

Although WfO appears to be useful for displaying information
in a succinct and timely manner, there are concerns regarding
the system’s usability and integration into clinician workflows.
First, at sites without integrated patient record systems, some
users found manual data entry to be a burdensome process
[13,26]. At Manipal Hospital in India, it was observed that
acclimation to the system reduced the time needed for each
patient case [27]. The mean time needed to collect and enter
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data for nonmetastatic diseases was 20 minutes. This was
reduced to 12 minutes after an increased acquaintance of 10
cases with WfO. In comparison, the time needed to collect and
enter datafor metastatic diseaseswas 5 to 7 minuteslonger than
that for localized diseases. On average, WfO took a median of
40 seconds to capture, analyze, and provide treatment
recommendations. For physicians with a high patient load, the
time needed to enter information into the system may be an
issue. Users also want WO to provide an explanation of its
processfor scoring and ranking treatment options[26]. In doing
so, users would feel more comfortable with trusting the
information and recommendations provided by WfO.

A second important concern that has been identified in studies
islocalizing WfO's treatment recommendations to the country
of implementation. In the previously mentioned satisfaction
study conducted in China, 66.7% of physicians recommended
that WfO should integrate data on locally available treatments
toimprovethe system [17]. For example, WfO did not take into
consideration whether theimmunotherapy drugsit recommended
had been approved by the ChinaFood and Drug Administration.
Physicians also chose chemotherapy instead of WfO's
recommended medication because the medication was too
expensive for patients. Similar challenges were found for WfO
users in Mexico and Thailand [19,28]. In Mexico, clinicians
deviated from WfO's recommendations due to the high costs
associated with them and the fact that they did not adhere to
Mexican cancer treatment guidelines [19]. In Thailand,
oncologists preferred basing their treatment recommendations
on other countries’ guidelinesinstead of US guidelines[28].

Implications for LMICs

In 2012, 65% of all cancer deathsworldwide occurred in LMICs,
and the projection for 2030 isthat thiswill increaseto 75% [ 76].
LMICs may aso be experiencing an even higher burden from
cancer than that experienced by high-income countries (HICs)
for several reasons. LMICs have restrained funding and often
lack optimal cancer registries and surveillance data; thus, they
are unableto implement evidence-based cancer control programs
[76]. Treatment modalitiesare also morelimitedin LMICsthan
in HICs; radiotherapy and chemotherapy are available in 43%
to 51% of LMICs but are available in 94% of HICs [77].
However, thereisahigh demand for such therapies, as5 million
new people annually are estimated to need radiation therapy in
LMICs [78]. LMICs also lack specialized medical personnel,
such as oncologists and oncology nurses, who are needed to
address those affected by cancer in LMICs[79]. According to
a World Health Organization report, LMICs have the lowest
density of health care workers in comparison to HICs, where
the density of health care workers is significantly higher [80].
A lack of health care workers for serving the population makes
offering high-quality, personalized care a difficult task.

Oncologists also often require the expertise of their colleagues
and additional literary resources to determine a course of
trestment for unique cancer cases. Gaining accessto high-quality
medical informationiskey for creating an appropriate treatment
plan, but oncologists may need additional help with sorting
information that is both relevant to their patients and viablein
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terms of what resources are available. Al-based platforms such
as WfO may be able to address the growing challenges of
providing cancer treatment plans in LMICs. Al can address
issues of access to knowledge bases in a comprehensive and
easy-to-access manner. The ability of Al toolsto quickly provide
evidence-based cancer treatment options would be especially
helpful in low-resource settings where the lack of time,
expertise, and other needed resources can become a barrier to
providing care. Using Al in this manner may also promote
international partnerships on cancer therapy research and
standardize guidelines for certain cancer types. The studies
reviewed in this viewpoint demonstrate the potential of Al to
reduce the cognitive burdens of less experienced physicians
who would benefit from additional medical education resources.

The experiences with WfO in different settings also reveal a
positive perception of Al with regard to its ability to reassure
clinicians and confirm their interpretations of data and the
potential of such atool to do soinan LMIC. The ability of Al
to act as a second opinion resource and standardize treatments
may prove especialy useful for cancer care in LMICs where
the likelihood of receiving comprehensive care and achieving
positive outcomesislower than that in HICs. A lack of available
specialized medical personnel in LMICs, especidly in rural
regions, is one of the factors contributing to poor cancer
outcomesin LMICs[81]. The ability of Al tools, such asWfO,
to provide subspecialty treatment information makes such tools
amuch-needed resource that existing physicians can use to meet
population demands, especially inrural areas, as envisioned for
the use of Al in an LMIC like India[4,82]. Approximately 60
oncologists serve over 300 million people in West Africa, and
only 2000 oncologists are available for 10 million patients in
India [83-85]. WfO’s open-access information, which can be
used to supplement self-paced learning, would be an ideal
resource for cancer physicians in LMICs where medical
education resources are lacking [86,87].

The use of an Al tool such asWfOin LMICsalso poses certain
challenges. The technological challenges that are unique to
LMICsand should be mentioned include accessto the internet,
technol ogy training, and whether local technology teamswould
be able to address technical issues [87]. Providing a decision
support tool, such as WfO, that is user-friendly and alignswith
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daily workflows is essential for implementation in LMICs,
where physicians’ experiences with technology can vary [87].
Additionally, there is concern about whether Al tools would
exacerbate the divide in health care access and use, especialy
with respect to socioeconomic status. There is a fear that Al
would recommend treatment optionsthat patients cannot afford
or that only high-income and educated patients who are aware
of Al tools may benefit from the use of Al in LMICs[4,19,28]
Another important concern—one that appliesto atool such as
WfO—is that the data and training of Al tools may not
incorporate  patient  characteristics  into  treatment
recommendations. For example, in China, local patient
characteristics such as gene mutations and the weaker physiques
of Chinese patients, which can influence treatment
recommendations, were not accounted for in WfO
recommendations [20]. Similarly, the need to consider the
presence of multiple ethnic groupsin countrieslike Indiaduring
theimplementation of Al tools devel oped by Western countries
will be an important factor to addressin LMICs[88].

Conclusion

It is undeniable that oncology physicians in LMICs need as
much additional support as possible. Theimplementation of Al
tools, such asWfO, in different settings has reveal ed that access
to asecond opinion CDSS resource, concise scientific evidence,
and international clinical guidelines can help physicians feel
more confident in their final treatment decisions. To improve
the clinical utility of Al tools such as WO, it is necessary that
the experiences and satisfaction of physicians who use such
tools are explored morein-depth, especially those of physicians
in LMICs. These perspectives are especially key to tailoring Al
systems for use in real-world clinical settings [6,7]. Such
perspectives are of course embedded in thelocal social, cultural,
and political LMIC contexts within which Al is implemented
and the ways in which local contexts can shape the use of Al.
We are gaining experience with respect to the implementation
of Al tools, such asWfO, in real-world settings for the treatment
of cancer. However, we still need to address some of the
challenges in the “last mile’ stage of implementation,
specifically those related to local contexts[89].
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Abstract

Increased cancer prevalence and survival rates coupled with earlier patient discharges from hospitals have created a greater need
for social support. Cancer careisboth short term and long term, requiring acute treatments, treatmentsfor remission, and long-term
screenings and treatment regimens. Health care systems are already overwhelmed and often struggle to provide social support
systemsfor everyone. Caregivers are limited in number, and even when they are available, they often lack necessary information,
skills, or resources to meet the needs of patients with cancer. The act of caregiving presents various challenges, and caregivers
themselves often need social support as well. Despite these needs, most social support programs are targeted toward patients
alone. Given the prevalence of cancer and known needs of these patients and their caregivers, the ability to identify those who
need social support is crucial. Further, the scalability and overall availability of social support programs is vital for successful
patient care. This paper establishes the benefits of social support for both patients and caregivers coping with cancer treatments,
exploresinnovative ways of identifying patientswho may need social support using digital tools, and reviews potential advantages
of digital social support programs.

(JMIR Cancer 2022;8(2):€36258) doi:10.2196/36258
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ongoing care and support for long-term management [5]. Despite
advancementsin treatments, however, cancer remainsaleading
cause of both death and disability worldwide [6,7]. Notably,
the reported figures from 2020 may be a gross underestimation

Introduction

Life expectancy in the United States has risen over 66% in the
past century due, in part, to medica advancements [1].

Importantly, the fastest growing segment includes those aged
65 years and over, with the number of older adults worldwide
in 2015 projected to more than double by 2050 [2]. Extended
life expectancy has coincided with a steady rise in chronic
disease, with incidenceratesincreasing by 7 to 8 million every
5 yearsfor the past two decades[3].

Advancements in diagnostics and therapeutics have resulted in
an increased number of cancer survivors[4]. Cancer isno longer
strictly an acute disease; over the next decade, nearly 40% of
patients diagnosed with cancer are expected to live greater than
or equal to 5 years after diagnosis [4]. With patients living
longer, cancer treatment isnow often chronic in nature, requiring

https://cancer.jmir.org/2022/2/e36258

due to the debilitating effects of the COVID-19 pandemic on
cancer screenings, diagnoses, and treatments. As a result, the
coming years may show an even greater uptick in cancer
incidence and mortality rates on a global level [6].

Social restrictions during the COV I D-19 pandemic have drawn
attention to the impact of social support, and lack thereof, on
mental health in the general population [8]. However, the
particular importance of socia support for patientswith chronic
disease has been long established. In this context, social support
ismultifaceted and consists of providing patientswith emotional,
information, or practical support. Socia support may comefrom
various sources, such as family, friends, partners, and health
care professionals [9]. Social support that comes from casual
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interactionswith family, friends, or peersisoften called informal
social support, while support that comes from professional
services, such as a nurses, physicians, or socia workers, is
considered formal social support [10].

Whileformalized social support programsexist, their useis not
widespread among patients with cancer. Commonly cited
reasons for underuse of formal social support programsinclude
lack of awareness of existence among patients, absence of
recommendation from physicians, practical constraints, and
financial barriers. Further, formal socia support programs are
generdly used more frequently by White, female, and
higher-educated individuals, leading to further underuse by
minority groups[11].

With formal socia support having many barriersto use, patients
often turn to their social network for informal social support
[11]. Informal social support has been shown to impact clinical
outcomes, including morbidity and mortality, as well as
psychological outcomes, such as mood, mental health, and
quality of life (QoL) [12-19]. For many patients with cancer,
however, casual social interactions are not enough and, in turn,
many patients rely on their caregiver for these interactions.
Increased cancer prevalence and survival rates coupled with
earlier hospital dischargesto conserve financial resources have
created an even larger and more important role for caregivers
[6,20]. However, caregivers often lack necessary information,
skills, or resources to meet the needs of patients with cancer
and often need to cope with the significant emotional burden
associated with caring for such patients[20,21]. Thus, caregivers
must also be considered when discussing the importance of
socia support in cancer.

Considering these factors, a newfound structure for social
support that encompasses both patients and caregivers will be

Table 1. Major aspects of social support.

Katsaros et d

essential to ensure quality and scalability of cancer care. With
potential increasesin global cancer incidence, prevalence, and
mortality in the coming decades, achieving adequate social
support may requireleveraging digital toolsthat can proactively
meet patient and caregiver needs. Thispaper seeksto summarize
the importance of socia support in chronic disease, outline its
different components, suggest the use of digital biomarkersto
identify patients who need social support, establish the
advantages of digital social support programs, and review
currently available digital modalities of social support for
patients and caregiversin the oncology space.

Components of Social Support

While prior literature has defined social support in different
ways, it is often comprised of three main facets: emotional,
practical, and informational support [22-25]. These aspects of
social support are summarized in Table 1. Emotional support
focuses on expressing empathy and compassion to patients and
caregivers, and fostering the sentiment that they are not alone
intheir experiences. Practical support fulfillsthe physical needs
that patients or caregivers may have, such as transportation to
the hospital or picking up medications. Informational support
involves sharing education or tips about managing the disease
state with patients or caregivers. As mentioned previoudly, social
support can come via forma support programs or informal
support from friends, families, or peers. While formal medical
information should come from health care providers (HCPs), a
patient’s peers can provide valuable information, such as what
to expect with certain treatments, particularly if the peer hasthe
same chronic disease. Patients are not medical experts, but they
often have valuable personal experiences from coping with
disease that many providers may not.

Major aspects of social support

Description

Emotional and physiological
Practical

Informational

Empathy, encouragement, and reassurance
Support with physical needs of daily living
Personal experiences, tips, and facts

Importance of Social Support in Patient
Care

Theclinical complexity of acancer diagnosis posesasignificant
burden on patients. However, burden is not solely related to
clinica complexity but is aso a function of the dynamic
interplay between personal, social, and clinical aspects of a
patient’s experience [26]. Thus, even if therapeutics have
favorable side effect profilesand minimal disruption to patients
lives, the social aspect of a cancer diagnosis could pose a
significant burden. A recent large-scale analysis found that
nearly 40% of patients with chronic disease reported that they
are unable to sustain their current investments of energy, time,
and money into health care lifelong [27]. As patients with
chronic diseases often have complex care plans that can be
discouraging and difficult to manage independently, social
support may play a crucial role in helping them be successful

https://cancer.jmir.org/2022/2/e36258

and feel less overwhelmed in trying to cope with their disease.
Moreover, chronic disease is also associated with a higher risk
of mental health conditions, such as depression and anxiety,
which can limit patients’ activity levels and social interactions
[28].

Given the known challenges associated with managing chronic
conditions, several studies have sought to understand the
potential benefits of providing social support services in this
setting [10-14]. One study of older adults with diabetes found
that greater social support was associated with less stress, lower
rates of depression, and reduced risk of myocardial infarction.
Further, social support was also associated with fewer
impairments in activities of daily living (eg, eating, drinking,
bathing, and dressing) and instrumental activities of daily living
(eg, using the telephone, transportation, laundry, and finances)
[13]. Another large-scale meta-analysis found that greater
perceived social support had a protective impact on mortality
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of upto 66% [17]. The same analysisfound that agreater social
network, such as regularly seeing friends and family members,
can reduce the risk of mortality up to 70% [17].

While once not considered a chronic disease, improvementsin
diagnostics and therapeutics have transformed cancer into a
condition requiring long-term care and support [5]. Compared
to other diseases, cancer may be far more demanding and may,
therefore, require ahigher degree of social support [29]. Patients
with cancer and their caregivers often cope with convoluted
treatment plans, regimens associated with significant toxicities,
symptom and side effect management, high disease severity,
higher care costs, and more stressful decision-making [29].
Along with physical and medical impacts, a cancer diagnosis
often brings along a heavy emotional burden; the prevalence of
both depression and anxiety are significantly higher in patients
with cancer [30]. Prognosis, pain levels, body image disruption,
and tumor- or treatment-related side effects can all heavily
impact a patient’s psychological state [30].

The importance of social support for patients with cancer is
well recognized, as current clinical guidelines recommend the
incorporation of social support into oncology patients care
plansto help mitigate the distress associated with their disease
[31].

Patients with cancer commonly express a desire for socia
support, as one study found patients often requested
companionship, empathy, and home care support. More
specifically, companionship was requested by nearly half of
patients[32]. Beyond just adesire for social support, numerous
studies have specifically demonstrated the benefit of social
support services for patients with cancer. In terms of emotional
benefit, providing social support has been shown to lessen
feelings of anxiety and depression associated with the disease
[33,34]. Social support has also been shown to have tangible
outcomes, including increased medication adherence. In a
prospective study of women with breast cancer, greater social
support during oral endocrine therapy initiation was associated
with higher rates of adherence and fewer depressive symptoms
[35]. The costs associated with medication nonadherencein the
United Statesisestimated to be US $100 billionto $290 hillion,
and nonadherence to cancer therapies is reported to be
significantly higher than that of other disease states[36]. Thus,
improving medication adherence among patients with cancer
could have significant implications for reducing health care
costs.

Beyond medication adherence, socia support has been
associated with improved physical and emotional health,
well-being, and overall survival in patients with cancer [37].
One meta-analysis of 87 studies found a 12% to 25% reduction
in relative mortality in patients with high levels of perceived
social support and large social networksaswell asinthose who
were married [38]. Socia networks can also have a significant
impact on overall QoL. One study of over 3000 breast cancer
survivorsfound that larger social networks were associated with
statistically significant higher QoL. More specifically, the study
found that “the availability of someonewith whom to have fun,
relax, and get one’s mind off things for a while’ had the
strongest association with QoL improvement [39]. Despite the

https://cancer.jmir.org/2022/2/e36258

Katsaros et d

established benefit, formal social support isnot widely adopted
in clinical practice. One study found that only 8% of patients
reported attending a cancer support group, and almost 60% of
patients did not know where to find agroup [11]. While HCPs
commonly recommend patient support programs, they often do
not give direct recommendations on where to find such
programs. Further, certain demographics, such as patientsliving
in distant or rural areas, reported less use of social groups[11].
While support groups may be beneficial for such patients, the
current infrastructure of physical support groups renders them
impractical for many patients, and new approaches to provide
socia support are warranted.

Social Support for Caregivers

Given the rise in cancer prevalence and desire for more
convenient treatments, a significant proportion of cancer care
has shifted to the outpatient setting [2,7,40]. New oncologic
agents have facilitated thistransition, as they are more targeted
and less invasive, making outpatient administration feasible
[40]. While this offers more freedom to patients, it may place
a larger strain on caregivers who are often relied on by many
cancer patientsfor logistical support, including assistance with
treatments, home care, and other tasks of daily living. These
caregivers are frequently family members or friends who are
not paid for the services they provide [41]. Along with the
difficulty of performing complex care tasks with little to no
training, a heavy emotional burden is placed on the shoulders
of these informal caregivers, which in and of itself has been
associated with increased mortality risk. One study found that
older adult spousal caregiverswho were experiencing caregiver
strain had a 63% increase in 4-year mortality compared to a
control group matched for age and sex who did not provide
caregiving [42].

Moreover, approximately 9% of informal caregivers report
having nobody to talk to about private matters. This feeling of
isolation is exacerbated in millennial caregivers, with 27%
indicating that they are not satisfied with the quality of their
social relationships, and with 2 out of 10 reporting that they do
not see any of their friends in a given month [21]. Fewer social
connections and lower satisfaction with socia support aso
significantly predicted depressive symptoms among caregivers,
especialy women [21]. Further, caregivers who are socially
isolated are at greater risk of experiencing difficulties with
complex care [21]. Although social support interventions are
available for caregivers of patients with cancer, an estimated
one-third of caregivers fail to ask for support when they need
it [43].

Psychosocial Burden of Cancer

The psychosocial burden of cancer can be overwhelming, and
many patients may not have a support system to help them cope
with the emotional aspects of the disease. Unfortunately,
psychosocial complications are common in patientswith cancer
[44]. Concerningly, many patients suffering from psychosocial
comorbidities are not adequately treated. One study found that
73% of patients with cancer were not receiving potentially
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effective treatment to manage their depression, and only 5%
were seeing a mental health professional [45].

Many of these patientswith psychosocial burdensmay not have
accesstoinformal social support, let aloneformal socia support.
As cancer disproportionately affects the geriatric population,
older adults often have areduced network accessible for social
support due to life cycle events, such as retirement, death of
loved ones, and biological effects of aging (eg, new sensory
impairments and worsening chronic illnesses) [46]. Social
isolation and lack of perceived socio-emotional support can be
detrimental to patient health, as studies have shown that social
isolation can lead to reduced QoL and increased morbidity and
mortality among patients with cancer [39,47,48].

These psychosocial burdens of cancer often go unaddressed but
have a significant impact on the economic cost of cancer. One
systematic review estimated the monetized lifetime psychosocial
cost burden of cancer care in Canada, as measured by
health-related QoL costs, to be CAD $427,753 to $528,769 (US
$320,815 to $396,577), which represents approximately
two-thirds of the economic cost of cancer [49]. Unlike clinical
burden, psychosocial burden is less tangible and, thus, more
difficult to identify, quantify, and formally diagnose [50]. Thus,
patientswith high needsfor socia support may not beidentified
early enough or, in some cases, at all. Moreover, there may be
gresat interpersonal variation in psychosocia burden, even within
patient popul ationswith the same diagnosis. | dentifying patients
with high psychosocial burdensand proactively providing social
support could improve the lives of patients and significantly
decrease the economic burden associated with cancer.

Digital Biomarkers to Identify Patients in
Need of Social Support

Digital biomarkers are objective measurements of physiological,
pathologic, or anatomic characteristics continuously collected
outside the clinical environment via home-based connected
devices[51]. Passively collecting datafrom patients’ mobile or
wearable devices potentially offersaconvenient and unobtrusive
method to prospectively identify psychosocial burden and
deliver tailored social support to the right patients at the right
time. To our knowledge, digital biomarkers are not currently
used to identify social support needs specific to cancer.
However, they have been successfully used to identify
depression, anxiety, and stress, all of which are common
psychosocial complications of cancer [52-54].

One study examined the use of algorithmsincorporating digital
trace data, such as device location and phone usage, along with
voice datafrom mobile devicesto identify behavioral indicators
of clinically validated symptoms of depression and posttraumatic
stress disorder [52]. The behavioral indicators that were
measured included depressed mood most the day, diminished
interest or pleasure in all or most activities, fatigue or 1oss of
energy, and avoidance of activities, places, or people. Digital
biomarkers have also been used to identify mood disorders,
such as major depressive disorder and bipolar disorder. Data
on patient movement, captured over 2 weeks, was able to
successfully predict diagnosis status of a mood disorder 89%
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of the time [53]. Another study combined passively collected
data about patient movement, using accel erometers, and social
contact, using calls and texts, over 2 weeks with machine
learning modelsto predict social anxiety symptom severity [53].
Social anxiety is particularly important in the field of cancer,
as it has been referred to as a hidden psychiatric comorbidity
in patients with cancer [54]. While less specific, the use of
smartwatches, rings, body patches, body scales, and vests can
provide physiological proxies of the autonomic nervous stress
response, such as resting heart rate, electrodermal activity,
cortisol levels, and inflammatory cytokines [55]. Real-time
tracking of these objective measures of stress could help identify
patients who need social support and help providers monitor
patients stress throughout therapy. Overall, given the high
prevalence of mood disordersin patientswith cancer, the ability
to diagnose psychosocial comorbidities at scale using digital
tools could be a crucial means to deliver both social and
pharmacologic interventions. This approach could potentially
identify patientsin need sooner, alleviate the workload required
to diagnose psychosocia burdensin current practice, and reduce
associated health care use.

The Role of Social Media Platforms in
Social Support

Although support in the form of in-person interventions
represents a significant portion of the social support provided,
in-person programs may not be suitable for many patients. While
in-person interventions have known benefits, accessibility to
in-person social support groups is not aways possible.
Transportation, awareness of programs, the ongoing COVID-19
pandemic, or program availability could still hinder a patient’s
ability to attend physical social support groups. Further, the
growing number of patients with cancer is greatly outpacing
the capacity for care of the current health care system [56]. The
health care system may not be able to physically provide social
support for all patientsthat need it. New social support methods
must be flexible enough to allow broad patient and caregiver
access despite these limitations.

Unlike physical social support programs, digital support
programs offer the potential for continuous access from the
comfort of a patient’s home without the presence of a physical
HCP. Whiledigital support programs may not have been broadly
accessible adecade ago, the widespread adoption of computers
and smartphones across al most every demographic in the United
States enables access for the vast majority of patients with
cancer [57]. Digital support programs have the potential to
compensate for diminishing face-to-face physical interactions,
while always providing an avenue for social support. Social
media platforms have historically been used as outlets toward
informal social support. Forum-style Facebook groups offer
patients the opportunity to connect and form relationships with
otherswho may have gone through or are going through similar
experiences. Many platforms also allow users to form or join
specific groups. These groups allow patientsto find and interact
with each other informally and in real time. Importantly, these
platforms enable asynchronousinteractionswith other patients,
giving them flexibility depending on when they want social
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support or can invest time into social support. Further, specific
groups can be made within these platforms to support minority
groups to overcome language or cultural barriers.

While social media platforms offer theoretical benefits, their
impact on patientsishighly variable. A systematic review found
that while 48% of studiesindicated benefits from social media
platforms, 45% found the effectsto be neutral, and 7% of studies
actually suggested harm from their use [58]. Still, both patients
with cancer and their caregivers have expressed that they wish
to use social mediafor the purpose of both social and emotional
support. In one study, caregivers specifically expressed that
they wanted to form connectionswith other caregiversin similar
situationswith which to share experiences and information [59].
With that said, social media platformsalso poserisksto patients
and caregivers, including possible privacy and confidentiality
concerns, no regulation to ensure that accurate medical
information is conveyed, a propagation of negative health
behaviors, and information overload [60]. Further, many groups
on socia media platforms may be hidden, hard to find, or
private, which may make it difficult for all patients to benefit.
A platform targeted for digital social support in oncology must
protect health care information, increase awareness of social
support, and improve accessibility to digital social support.

Recommendations

With smartphones and wearable connected devices now
ubiquitous, using these devicesfor datacollectioniseasier than
ever to employ from atechnological standpoint. Still, collected
data must also be systematically trandated into useful
information for clinicians. Simply providing biomarkers to
already-burdened providers will likely not amount to
advancements in care delivery. Further research is needed to
identify specific algorithms encompassing particular sets of
biomarkers that can accurately identify psychosocial burdens
in patients with cancer, while limiting required interventions
from HCPs.

Once those who require socia support are identified, flexible
programs must be made available without relying on particular
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channels (eg, in-person support groups), as these may isolate
certain patients or caregivers. Creating both accessible and
scalable socia support programswill be crucial to accommodate
the rise in cancer diagnosis and to decrease the psychosocial
impact of cancer on patientsand their caregivers. Physical socia
support programs have established benefits, but these programs
also have limitations, such as transportation, pandemic-related
concerns, fixed group meeting times, and finite availability.
Digital platforms can avoid these limitations and increase
availability and accessibility of social support, even among
minority groups.

Despite promise, funding for such digital biomarkersto identify
social support needs, aswell asthe associated digital platforms
to deliver social support, may be challenging. The economic
benefit of providing social support through these avenuesis not
currently well established, and it is unclear whether health care
payers would support new digitally based programs. Targeted
research that specifically identifies concrete clinical and
economic value in digital social support programs to foster
further development is needed.

Conclusions

Degspite the established benefits of social support programs,
their use among patients with cancer is not widespread. Patients
often do not seek social support when they need it or may not
even know they need social support. Patients and the health
care system alike are in desperate need of a more efficient
method of identifying patients who need social support. Digital
biomarkers collected via mobile or wearable devices offer an
innovative, yet relatively facile, way of identifying a subset of
patients that need social support.

Although the need for social support in patients with cancer is
high, the current infrastructure to provide social support is
largely underdeveloped and unable to accommodate patient
needs for support. Health care systems are already struggling
with capacity limitationsto provide carefor all patients. Tailored
digital platforms can provide accessible social support, without
straining the already-burdened health care system.
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Background: Expert knowledge is often shared among multidisciplinary academic teams at tumor boards (TBs) across the
country, but these conversations exist in silos and do not reach the wider oncology community.

Objective: Using an oncologist-only question and answer (Q&A) website, we sought to document expert insights from TBs at
National Cancer |nstitute—designated Comprehensive Cancer Centers (NCI-CCCs) to provide educational benefitsto the oncology
community.

Methods: We designed a process with the NCI-CCCs to document and share discussions from the TBs focused on areas of
practice variation on theMednet, an interactive Q& A website of over 13,000 US oncologists. The faculty transated the TB
discussionsinto concise, non—case-based Q& Ason theM ednet. Answerswere peer reviewed and disseminated in email newsdletters
to registered oncologists. Reach and engagement were measured. Following each Q& A, a survey question asked how the TB
Q& Asimpacted the readers’ practice.

Results: A total of 23 breast, thoracic, gastrointestinal, and genitourinary programsfrom 16 NCI-CCC sites participated. Between
December 2016 and July 2021, the faculty highlighted 368 questions from their TBs. Q& Aswere viewed 147,661 times by 7381
oncologists at 3515 ingtitutions from all 50 states. A total of 277 (75%) Q& Aswere viewed every month. Of the 1063 responses
to a survey question on how the Q& A affected clinicians’ practices, 646 (61%) reported that it confirmed their current practice,
163 (20%) indicated that a Q& A would change their future practice, and 214 (15%) reported |earning something new.

Conclusions: Through an online Q& A platform, academics at the NCI-CCCs share knowledge outside the walls of academia
with oncologists across the United States. Access to up-to-date expert knowledge can reassure clinicians' practices, significantly

impact patient care in community practices, and be a source of new knowledge and education.

(JMIR Cancer 2022;8(2):e33859) doi:10.2196/33859

KEYWORDS

National Cancer | nstitute—designated Comprehensive Cancer Centers, NCI-CCC; tumor boards; TBs; knowledge sharing; cancer;

digital health; oncology; health websites; health education

Introduction

Cancer isthe second leading cause of death in the United States
[1]. Thefield of oncology israpidly evolving, and it is difficult
to stay up-to-date with the changing treatment paradigms. In
2017, the Food and Drug Administration (FDA) issued 58 new
approval notifications in hematol ogy/oncology—more than in
any other field of medicine [2]. In 2019, 13 of the 48 novel
drugs approved by the FDA were in the field of
hematology/oncology [3]. As aresult of the rapidly changing
treatment practices, clinicians often have questions regarding
the management of specific clinical scenarios [4]. However,
clinical trialsand clinical practice guidelines often do not answer
guestions on complex and nuanced clinical situations [5-7].
When clinicians search current resources and do not find an
answer, they are often faced with having to make difficult
clinical judgments without sufficient expertise in the particul ar
clinical scenario[6]. Therefore, morethan half of the questions
go unanswered, which may result in inconsistent and poor
quality of patient care [4-7]. Additionally, there is a lost
opportunity for knowledge gaps to be identified and targeted.

In oncology, difficult clinical scenarios are often discussed
within a multidisciplinary tumor board (TB). The TBs at the
National Cancer Institute—designated Comprehensive Cancer
Centers (NCI-CCCs) serve asexcellent opportunitiesfor experts
to share their knowledge. These discussions can play a crucia
rolein impacting patient care and survival [8,9]. Unfortunately,
the TB insights from experts at the NCI-CCCs are not
systematically documented and disseminated in a way that is
easily accessibleto physiciansin the community. Thisrepresents
a lost opportunity to capture and share real-world questions,
thoughtful discussions, and clinical expertise that can impact

https://cancer.jmir.org/2022/2/e33859

patient care in community centers. This paradigm can change
using socia networks, which have long been acknowledged as
critical for the diffusion and adaptation of new information and
experiential physician knowledge.

In other industries, social question and answer (Q& A) databases
have become a method of knowledge creation and storage,
which can be ranked via a search engine and discovered by all
internet users. The most well-known exampl es of such databases
are Stack Overflow and Quora, which owe their success to
having significant user bases with deep expertise in their
domains [10]. Building on the utility of Q&A databases,
theMednet was developed in 2014 as a physician-only online
platform with a mission to facilitate knowledge sharing from
academic to community physiciansin order for patients to get
high-quality care despite wherethey aretreated. It wasdesigned
for community oncologists to ask non—case-based clinical
questions from experts and for the expert answers to be part of
alarge and searchable Q& A database that would be accessible
at any time to physicians with similar questions. In effect, this
would bring the Q& A processin medicineto an online platform
and expose community clinicians to strong expert networks. It
was started among radiiation oncol ogists acrossthe United States
and then expanded to involve medical, surgical, and pediatric
oncologists. Expertsand community oncol ogistsjoin theM ednet
through individual outreach, invitations from users, and word
of mouth. All members are reviewed to ensure that they are
US-based practicing oncologists. The platform ismoderated by
a team of deputy and associate editors who review every
guestion, answer, and comment posted. TheMednet now
contains over 10,000 clinical questions that cannot be easily
answered based on a review of the literature, textbooks, or
guidelines. Over 13,000 US radiation oncologists, medical
oncologists, surgical oncologists, gynecologic oncologists, and
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pediatric oncologists are registered members, with 50% of
registered physicians using the website at |east once a month.

Having both an established community of academic and
community oncologists and a content management system that
routes questions to the appropriate experts and routes answers
for appropriate peer review, theMednet is uniquely suited to
capture and disseminate knowledge from the NCI-CCCs to
community oncologists. We sought to use theMednet to
document, discuss, and disseminate clinical knowledge from
the TBs at the NCI-CCCs to the oncology community, using
technology and best practices from online social networks.

Methods

Overview

We hypothesized that the experts at the NCI-CCCs can
systematically document and share experiential knowledge and
best practices into actionable information in the form of
searchable Q& As on theMednet. We al so hypothesized that the
Q&Asfromthe TBs, in addition to the clinical Q& Asfromthe
community, have a long-lasting value to future users who will
have similar questions, which may have otherwise gone
unanswered. While the term “expert” may have many
connotations and definitions, in the context of this application
wedefine“expert” asan oncology specialist (medical, radiation,
surgical, etc) with an academic appointment at aUS university,
who has published original research in his or her subspecialty
(eg, breast cancer, prostate cancer, etc) or participatesin clinical
trials related to that specialty.

The program was initiated at a single site as a pilot program
with the University of Texas MD Anderson Cancer Center
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(MDACC). Inthe pilot, we collaborated with the breast cancer
faculty at the MDACC, an NCI-CCC treating over 135,000
patients with cancer a year, to jointly develop a process that
distills, documents, and distributesimportant information from
the TBsviatheMednet. In thisprocess, ajunior faculty member
wasassigned asa“ siteleader” to post 1 question per week from
the TB. The question would be routed to a physician editor who
would then invite expertsfrom the NCI-CCC and other academic
cancer centersto answer the question. The answers would then
be distributed to additional faculty for peer review. By the end
of the week, the Q& A would be included in a weekly email
newsletter and distributed to the physician members of
theMednet. Through this process, a discussion among 15 to 20
physicians at a single time and place becomes part of a
searchable repository of knowledge that provides long-lasting
value to 500 times more physicians (Figure 1).

Oncethe program was successfully launched and running at the
MDACC, further expansion was focused on breast cancer sites
at NCI-CCCs across the country. Institutions designated as
NCI-CCCswith ahigh level of engagement on theM ednet were
selected. Inthe next phase, the program was expanded to 5 sites
in thoracic oncology, followed by 4 sites in gastrointestinal
oncology and 4 sites in genitourinary oncology. At each site, a
site leader was selected to digtill discussions about patient
management from the TB meetings into questions to be posted
on theMednet. Experts from medical oncology, radiation
oncology, and surgical oncology were invited to participate as
experts from each site. Web- or phone-based training sessions
for site leaders and expert physicians were held prior to each
launch with further details provided below.

Figure 1. Methodology and potential reach. NCI-CCCs:. National Cancer Institute-designated Cancer Centers; Q& A: question and answer, TB: tumor

board.
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Information Creation and Quality Review

Site leaders were instructed to distill conversations about a
patient case into one or more questions to be posted on
theMednet. A training manual was provided to each site leader
to explain how to write questions in a way that concisely
addresses the clinical situation being discussed and not the
specific patient case. Writing the questions in this manner
facilities search queries and encourages the answer to bewritten
in a way that applies to a broad range of patients, providing
guidance and educational value to a greater number of
physicians. It also removes any information that would violate
the Health Insurance Portability and Accountability Act
standards. Additionally, questions were required to be focused
on nuanced clinical discussions, where there were no clear
answers based on existing research and guidelines. If asimilar
question already existed intheM ednet database, that old question
was tagged as the “tumor board question” and then sent to the
TB expertsfor updated answers as responses may have changed
based on evolving data.

Once a question was posted on theMednet, it was sent to 3 or
4 physicians participating in the TB program via email to be
answered. Answers were then shared with other experts
nationwide for peer review. This process either built consensus
around a course of action for a clinical situation or created a
dialogue around best practices when there was no clear answer.
The pool of expertsfor peer review included academic medical
oncologistsat the participating NCI-CCCsand academic medical
oncologists across the country who had previously been
recruited to answer questions from community oncologists.
Q&Aswerereviewed and indexed by physician editorsfor easy
search retrieval.

I nfor mation Dissemination and Ongoing Engagement

A customized email, highlighting new answers from the TB
conference, was sent biweekly to oncologists registered on
theM ednet. Because of the increased volume of the Q& Asover
time, a daily digest was also created for users who opted to
receive a daily, rather than a biweekly, email. The newdletter
went out daily to 5617 medical and radiation oncologists. It was
sent biweekly to 5018 medical and radiation oncologists.
Questions were also included in weekly newsletters to 1277
pediatric and gynecologic oncologists if relevant to those
specialists.

To provide feedback to experts answering questions and
highlight their impact, a bimonthly custom report was created
detailing the number of times their answers were read, the
number of physicians their answers reached, and the number
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and names of the institutions their answers reached. The site
leadersreceived an automated email just beforetheir TB meeting
every week to remind them to post a question, with the
expectation of posting 1 question a month. A TB project
manager individually contacted site leaders at each site at the
end of amonth if at least 1 question had not been received from
them that month.

Target Audience and Dynamic Feedback

To help actively capture the opinions and real-world practices
of oncologists using theM ednet, 1-question polls were created
for a number of TB questions. Community physicians also
provided feedback by marking a question as a*“ good question”
or indicating whether they “agree” with or find answers
“helpful.” An additional survey also captured whether the
information in the Q& A had changed their practice or confirmed
their current practice. Both the total views and the views per
unique physicians for each individual Q& A were tracked over
time.

Ethics Approval

Thisanalysiswas exempt from IRB review asit doesnot include
human subjects research and involves secondary analysis of
published online data. Impact surveys were issued by site
personnel for theintent and purposes of improving servicesand
programsfor members. The privacy of userswas protected, and
confidentiality of individual responses was maintained
throughout data collection and review. Results from data
analysis are being presented in aggregate.

Results

The NCI-CCC Sites

TheNCI-CCC breast cancer TB program wasinitialy launched
in December 2016 with the MDACC and expanded to include
the University of Pittsburg Medical Center and the University
of California, Los Angeles by April 2017. Between April 2017
and July 2021, the program was expanded to include atotal of
23 breast, thoracic, and gastrointestinal programs at 16
NCI-CCCs indicated in Table 1. A total of 22 out of 23 TB
programs were retained at the time of this publication. Only 1
program declined further participation because of the inability
of a site leader to participate. The program grew from 38
involved academic physiciansin 2017 (6 faculty members asked
guestions that were answered by 32 experts) to 131 academic
physicians by July 2021 (16 faculty members asked questions
that were answered by 69 experts.)
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Table 1. The National Cancer |nstitute—designated Comprehensive Cancer Center tumor board (TB) participating sites.

TB program Participating sites

Breast cancer

MD Anderson Cancer Center; University of California, Los Angeles; Yale Cancer Center; University of Utah;

University of Wisconsin; Columbia University Medical Center; The Ohio State University Medical Center;
Moffitt Cancer Center; University of lowa

Thoracic malignancies

Indiana University, The Ohio State University Medical Center, Yale Cancer Center, Vanderbilt University

Medical Center, University of Michigan

Gastrointestinal malignancies

Genitourinary malignancies

University of Wisconsin, Yale Cancer Center, Indiana University, Rutgers Health

Duke University Medical Center; Vanderbilt University Medical Center; The Sidney Kimmel Comprehensive

Cancer Center, Johns Hopkins University; University of California, San Francisco

Q&A Reach

Between December 2016 and July 2021, atotal of 534 answers
to 368 questions have been posted from these 23 programs from
16 NCI-CCC sites. Answers camefrom 123 academic physicians
and were peer reviewed by 93 academic physicians. A total of
127 (35%) questions had more than 1 answer. Figure 2 shows
atypical format of how aTB question, asked from asite |eader,
is answered by an expert from a different site and then peer
reviewed by another expert in the field. These Q& As were
viewed 147,661 times by the oncologists at 3515 institutions
from al the 50 states of the United States, including 5131
community oncologists (Figure 3). A total of 227 (75%) Q& As
were viewed every month. Answers to 22 questions were
updated at least 6 months after the initial answers due to
evolving datain the field.

A total of 431 clinicians agreed with the answers 1773 times,
and 545 physicians found them helpful 1321 times. Editors
created 88 (24%) real-world practice poll questions out of these
Q&As. These poll questions asked for the clinical opinion of
the oncologists about a particular scenario (Figure 4). A total
of 2116 clinicians voted in these polls with 7789 votes.

A total of 231 (43%) answers cited published data with 328
publications cited. Nearly 303 (60%) of the answers cited
clinical experience, highlighting the frequency with which
oncologists encounter scenarios not adequately addressed by
the current evidence. Customized emails with new Q&As
resulted in avisit to the website an average of 15% of the time
(7 times the industry average) [11].

Figure 2. Example of aquestion asked in the breast cancer tumor board program with an expert response and peer review. ER: estrogen positive; PR:

progesterone positive.

X mednet | @

University of lowa Breast Cancer Tumor Board

d Unstar
@ Share

) Good Question 3

breast cancer?

About <L Topics My Account -

What neoadjuvant therapy would you choose
for a post menopausal woman with ER
negative, PR positive high grade node negative

Would you consider genomic assays before nesadjuvant chemotherapy? How would you

madify your treatment given the COVID-19 pandemic?

@ Write an Answer

SAnswers &% Manage

William M. Sikov, MD

L

{ER2 is negative, |

neer—1 would

https://cancer.jmir.org/2022/2/e33859

RenderX

Request Answers .|

CITED PAPERS

& Edit

s of the hormone receptor
aukd a

uld be high

JMIR Cancer 2022 | vol. 8 | iss. 2 |€33859 | p.62
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

Kalraet al

Figure 3. Map of the United States showing the reach of tumor board program.
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Figure 4. Example of areal-world practice poll question with responses. HER2: human epidermal growth factor receptor 2; HR: hormone receptor;

oncotype DX; 21 gene recurrence score; RS: recurrence score.
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Dynamic Feedback

We conducted a short survey on how the Q& As impacted the
clinicians' practice. The survey questions were posted at the
end of each Q&A page and were open to response by the
viewers. Theimpact survey questions are listed in Figure 5. Of
the 1063 responses to a survey on how the Q&As affected
clinicians practice, 646 (61%) reported that it confirmed their

https://cancer.jmir.org/2022/2/e33859

XSL-FO

RenderX

current practice, 163 (20%) indicated that a Q& A would change
their future practice, 214 (15%) reported learning something
new, 20 (2%) indicated that their practice differs, and 20 (2%)
chose “other” astheir response. Multimedia Appendix 1 shows
apie graph of all theimpact survey question responses.

Table 2 summarizes the number of views and the number of
oncologists engaged over time. We have found that both the
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Q&A views and the number of oncologists viewing the TB
Q&Asincreased over time. A total of 277 (75%) of all the TB
Q&Aswere viewed every month.

In February 2020, qualitative feedback was sought from 8 site
leaders. Standardized questions were developed and focused
on process improvement. Sample questions included “Would
you recommend this program to other NCI-CCC sites? Why or
why not?” and “What are some barriers to posting questions?’
Eight out of the 8 site leaders stated they would recommend
this program to other NCI-CCCs. Some of the feedback was

Figure5. Impact survey questions.

Karaet a

that the program “opened up conversations at our institution”;
“has helped expand my knowledge base”; “helps hearing what
is going on at other sites’; and “some answers don’t have the
strongest evidence but it is good to know who agrees” The
most common barriersto posting a question routinely were (1)
thetimeto distill aclinical scenario into abroad-based question
and (2) not being ableto identify a good question from the TB.
Of the 8 siteleaders, 7 found automated email reminders useful
to remember to think of a question to share during the TB
discussions.

How does this tumor board Q&A discussion
impact your practice? (Check all that

apply) *

[C] This confirms my current practice

(O] This may change my future practice

() My practice differs, | disagree with the

responses

(O | learned something new

(] Other

Table 2. Community oncologists engagement over time.

Year Oncologists viewing the TB? Q&Asb, n TB Q&A views, n
2016 172 361

2017 844 4792

2018 3010 24,886

2019 3616 39,550

2020 4749 49,941

4TB: tumor board.
bQ&A: guestion and answer.

Discussion

Oncology is a constantly evolving field of medicine, and
oncologists deal with complex patients and clinical scenarios
every day dueto increased patient comorbiditiesand age, rapidly
evolving changes in care standards, and the emergence of
complex genome-guided, personalized therapies [12,13]. Asa
result of increasing patient complexity, current evidence and
practice guidelines may not be directly applicable to many
patients[12]. Physicians cite expert authorities as the best source
for questions on complex clinical situations[6,7]. Questionsto
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experts tend to be about nuanced patient situations and often
require guidance, affirmation, judgment, and feedback [14].
However, expert insights are often not readily accessible to
community physicians who treat 80% of patients with cancer
in the United States [15]. Additionally, while there is a
systematic process of documenting the best research evidence
in journals and textbooks, there exists no centralized way of
documenting and disseminating clinical expertise; it is found
in conversations in conferences, hospital hallways, emails, and
on thetelephone. Thisvaluable experiential knowledgeis shared

JMIR Cancer 2022 | vol. 8 | iss. 2 [e33859 | p.64
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

socially among colleagues, but it never makes its way to the
greater community through an indexed and searchable database.

In most cancer centers, difficult clinical questionsare discussed
at multidisciplinary TBsin which peer expertiseis shared. TBs
are the central forums for decision-making in situations where
thereislimited evidence and in which patients have confounding
factors. At the NCI-CCC, the TBs are more than a place for
decision-making. They are acknowledged as a place for
disseminating knowledge [16], generating ideas that lead to
research projects, raising awareness of clinical trials [17],
highlighting nuances in diagnostic approaches and treatment,
educating oncology teams, and discussing existing controversies
in treatments [8].

TheMednet has emerged asanovel physician-only website that
has given oncologists a platform to ask and search answers to
complex clinical questions. In collaboration with the TBs at the
NCI-CCC, academics have shared knowledge outside thewalls
of 23 academic programs with oncologists across the United
States. Over the course of 4+ years, discussionsfrom these TBs
have reached over 7000 oncologists across all 50 states of the
United States. It is exemplary of how technology is helping to
break down health disparities and achieve health equity. The
discussions happening at major academic institutions have
helped oncologists treat patients in rura settings, without the
need for those patients to travel across the country. The
observation that more than three quarters of these Q& As were
viewed every month indicates that these clinically relevant
Q& As provide value for weeks, months, and even years after
they are posted. Answers are frequently updated as practices
evolve, and new databecome available. Our dataindicate ahigh

Karaet a

level of engagement from community oncologists and a high
retention rate among the participating NCI-CCCs, with direct
feedback from academic site leadersindicating high satisfaction
with continued learning and professional growth. Additionally,
when asked about theimpact of the TB Q& As, 1in 5 responses
indicate that these Q&As may change oncologists future
practice.

This program has been unique asit invol ves active participation
and interaction of academic and community oncologists.
Additionally, the answers display how academic physicians
incorporate current guidelines and evidence into their clinical
practice based on their years of experience and research in the
field. This access to up-to-date expert knowledge helps
community oncologists with clinical decision-making by
affirming their current practices, teaching them new information
they did not previously know, and changing clinical practices.
To our knowledge, this representsthe only searchabl e repository
of expert knowledge on areas of controversy in oncology,
accessible to oncol ogists throughout the United States.

This program has gained unprecedented prominence and
popularity in the 4 years since its launch, and engagement
continues to increase over time. Future efforts will be focused
on involving more NCI-CCCs in the program, expanding to
additional disease sites such as pediatric and gynecologic
oncology, in addition to malignant hematol ogy, and international
expansion to reach non—-US-based physicians. Additionally,
qualitative and quantitative studieswill investigate how regular
exposure to knowledge at the NCI-CCCs impacts patient care
in community settings.
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Abstract

Background: Cancer-related cognitiveimpairment (CRCI) isacommon and significant adverse effect of cancer and itstherapies.
However, its definition and assessment remain difficult due to limitations of currently available measurement tools.

Objective: This study aims to evaluate qualitative themes related to the cognitive effects of cancer to help guide development
of assessments that are more specific than what is currently available.

Methods: We applied topic modeling and inductive qualitative content analysis to 145 public online comments related to
cognitive effects of cancer.

Results: Topic modeling revealed 2 latent topics that we interpreted as representing internal and external factors related to
cognitive effects. These findings lead us to hypothesize regarding the potential contribution of locus of control to CRCI. Content
analysis suggested several major themes including symptoms, emotional/psychological impacts, coping, “chemaobrain” is real,
change over time, and function. There was some conceptual overlap between the 2 methodsregarding internal and external factors
related to patient experiences of cognitive effects.

Conclusions:  Our findings indicate that coping mechanisms and locus of control may be important themes to include in
assessments of CRCI. Future directionsin this field include prospective acquisition of free-text responses to guide devel opment
of assessments that are more sensitive and specific to cognitive function in patients with cancer.

(JMIR Cancer 2022;8(2):€34828) doi:10.2196/34828
KEYWORDS

cognitive; natural language processing; cancer; oncology

brain changes observed in neuroimaging studies of CRCI,
behavioral assessments show less consistent effects [6-8].

Objectively, CRCI is primarily assessed using standardized

Introduction

A condition known colloquially as chemaobrain, cancer-related

cognitiveimpairment (CRCI) affectsan estimated 60% or more
of patientswith cancer [1,2]. CRCI isan interesting illustration
of the significant effects that systemic disease or its therapies
can have on brain function. Cognitive deficits decrease quality
of lifein patientswith cancer and are independent predictors of
survival [3-5]; however, assessment of CRCI remains
challenging. Specifically, despite the significant and widespread

https://cancer.jmir.org/2022/2/e34828

neuropsychological testing. However, these measures tend to
have poor ecological validity [9-11] and may lack adequate
sensitivity and specificity for CRCI [12]. Self-report measures
tend to be more sensitive to CRCI, but have their own set of
disadvantagesin terms of administration and interpretation [13]
and aso do not aways detect CRCI [14]. Most existing
assessments are not cancer specific, and therefore, they may
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not sufficiently include themes or domains that are important
to cancer survivors. Qualitative research is best suited for
uncovering such themes but has been limited to date in this
field.

The aim of this study was to elucidate qualitative themes
surrounding the cognitive effects of cancer to better inform
development of cancer-specific self-report assessments. We
employed 2 text analysis approaches: topic modeling and
traditional content analysis. Both methods use unstructured,
free-text responses to assess symptoms and functioning. Topic
modeling is a text mining technique that seeks to interpret the
rich data inherent in written language using machine learning
algorithms to identify important themes, or topics [15]. This
method removes some of the labor-intensive aspects of
traditional qualitative analysis by automatically quantifying
subjective information. However, the meaning and relevance
of the generated topics must be deduced, and therefore, some
qualitative aspects remain. Topic modeling has been used to
evaluate depression, anxiety, and other symptoms from public
comments in social media posts [16,17]. Importantly, public
online comments have also been used to detect early signs of
cognitive decline[18]. We sought to evaluate asimilar approach
for investigating CRCI given the advantages that it affords,
including access to a large data set that is without cost,
representation of awide variety of individuals, and reduced bias
related to assessment context [16].

Traditional qualitative content analysis is used to describe
phenomena and generate evidence for larger quantitative
descriptive studies or for theory generation [19]. Researchers
code narrative data to determine the existence and frequency
of conceptswithin thetext. Thisisan inductive process as broad
categories are generalized from the specific content that is
identified in the data. Qualitative content analysis has been
employed in afew prior studies of CRCI [9,20-24], but studies
employing quantitative methods are far more common. Further,
previous qualitative studies were not used to guide devel opment
of CRCI assessments. We aimed to demonstrate how qualitative
themes can provide novel insights regarding patient experiences
with CRCI that could potentially inform the development of
cancer-specific assessments in the future.

Methods

Topic Modeling

We identified 10 public online forums by conducting internet
searches with the terms chemobrain; cancer; cognition;
survivorship; and supportive care. These forums consisted
largely of group discussions/conversations regarding cancer
survivorship—related topics but al so included responsesto online
articles about chemobrain. We extracted comments using
automated data scraping functionsin the R Statistical Package
version 4.0.2 (R Foundation). Commentswere cleaned (removed

https://cancer.jmir.org/2022/2/e34828
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contractions, symbols, links, stop words|[eg, the, has, this]) and
converted to a document-term matrix for topic modeling, again
using automated functionsin R. Latent topics were discovered
using latent Dirichlet allocation [25] with Gibbs sampling. This
yielded a probability that a forum comment belonged to a
particular latent topic. Topics, in this context, are groups of
words that are related to each other. There is no standard for
determining the optimal number of topicsto ook for. Therefore,
we examined the rate of perplexity change across a range of
topic values to estimate the optima number of topics [26].
Latent Dirichlet allocation was conducted in R using the
topicmodels library.

Content Analysis

The forum responses were aggregated into a single transcript
and reviewed independently by 2 of the coauthors (AMH and
WT) using an inductive qualitative content analysis approach
[19,27,28]. This approach alows for the distillation of words
into fewer content-related categories, which is done manually
[28]. Each coauthor read through the entire transcript at least
once to become familiar with the data, then initiated the
line-by-line coding process. The units of analysis were words
and phrases. Codes were inductively grouped into larger
categories that emerged directly from the data, without an
organizing framework, noting quotes from participants
illustrating the categories [28]. The coauthors then met to
compare and collapse categories and complete the abstraction
process. Abstraction involvesforming general descriptionsand
meanings of the final categories[28]. AMH and WT were kept
blinded to the topic modeling results so that their findingswould
not be influenced by the topic modeling.

Ethics Approval

This study utilized public data that do not require institutional
review board approval.

Results

Overview

We identified 145 online forum comments. Comments were
posted by single online usernames, and all included first-person
pronouns (eg |, my). Thus, commentswere assumed to represent
145 individuals. Comments had a mean word count of 146 (SD
65).

Topic Modeling

Asshown in Figure 1, topic modeling identified 2 latent topics
that we qualitatively interpreted, by consensus, as representing
external (topic 1) and internal (topic 2) factors related to
individuals concerns about cognitive functioning. These
findings lead us to hypothesize regarding the potential
contribution of locus of control to CRCI.
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Figure 1. Topic modeling of free-text comments. Latent Dirichlet allocation (LDA) analysis of online comments identified 2 topics related to cognitive
effects of cancer and its treatments. Beta = probability that the term belongs to that topic. We interpreted topic 1 as reflecting external factors and topic
2 asindicating internal factors leading us to hypothesize regarding potential contribution of locus of control to subjective cognitive impairment. Figure

created using ggplot in the R Statistical Package.
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Content Analysis

Major Categories

The following major categories were identified: symptoms,
emotional/psychological impacts, coping, “ chemobrain” isreal,
change over time, and function.

Symptoms

The online comments largely described cognitive symptoms
along with related physical symptoms (eg, fatigue, neuropathy).
The most common cognitive symptom discussed was impaired
memory, specifically trouble with short-term memory or
remembering things*“on thefly.” One person described, a“ Total
inability to cope with remembering things” and another said,
“My mind couldn’t remember things that used to be easy for
me.” Other comments frequently mentioned word-finding
problems, difficulty concentrating, and a slowness or lack of
mental sharpness/speed. People also suggested explanations
other than chemotherapy for their symptoms such as other cancer
treatments (eg, tamoxifen, radiation), having too much on their
plates (ie, information overload), getting older, or developing
dementia.

Emotional/Psychological | mpact

Throughout the online comments, many people discussed the
strong emotional and psychological impacts of their cognitive
symptomsand changes. These were sometimes described inthe
context of feeling worried, upset, anxious, or scared of their
cognitive symptoms. Other times symptoms were described in
the context of extreme frustration, feelings of anger, and being
overly stressed. One person said, “It's a total frustration” and
another said, “I am redly suffering” Additionaly, many
described feelings of embarrassment, loss of confidence or
self-reliance, or even feeling nervous about their own cognitive
performance. One person illustrated this point by saying,
“Cancer and memory loss can corrode my intellectual
self-esteem and only compound the problem.”

https://cancer.jmir.org/2022/2/e34828
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Coping

Many people referenced ways of coping with their cognitive
changes by engaging in brain-healthy behaviors such asexercise,
stress reduction, or puzzles. Others referenced using different
medications such as Ritalin, or supplements (eg, CoQ10) to
improve their cognitive stamina and function. Others talked
about utilizing compensatory strategies for better functioning
in their everyday lives such as making lists, using smartphone
capabilities, slowing down, and planning more.

“Chemobrain” |sReal

Most of the online comments related to the idea of validating
that chemobrain, or cognitive changes related to cancer and
cancer treatment, are very real. Different words were used to
describe the phenomenon such as“ chemo haze,” * chemo fog,”
a “scrambled brain,” and “brain is total mush.” Some people
voiced frustration with lack of awareness or validation from
their providers and noted that, “it would have helped if there
had been more awareness [about chemobrain]”. Similarly,
people made sure to emphasize that those suffering from
chemobrain are not alone. For example, one person said, “Don’t
feel you have to cope with this on your own” and another said,
“we are with you”.

Change Over Time

A common theme that emerged from the online comments was
the experience of cognitive function changing over time. For
instance, many people described ongoing cognitive difficulties
sincethe end of their treatments and in some cases declining or
getting worse over time. By contrast, others described
improvements in cognitive difficulties since their treatments
ended, saying they are “doing better with time’. Others
described cognitive symptoms as getting worse throughout
individual days, with better functioning in the morning and
dysfunction in the evenings or when they were tired.

Function

Finaly, many of the online comments centered around the theme
of functioning in their everyday lives—from social and
interpersonal interactions to occupational performance and in
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many cases debilitation, or lack of function. One person said,
“l can sit and listen to someone talk and then it's like | feel
thick, like | just don't understand what’s being said.” Others
talked about slow returnsto work, workload reduction, and lack
of ability to do the work they did prior to their cancer. Several
people described losing their jobs due to their cognitive
problems and inability to function at previous levels. Some
talked about an inability to do the thingsthey wanted to in their
lives, or aloss of the person they were prior to their treatments.
One person said, “1 wish | could be my old self.”

Discussion

Principal Findings

We evaluated public online comments regarding CRCI for
qualitative themes using both topic modeling and content
analysis. The goa of this study was to demonstrate how
qualitative themes can provide novel insights regarding patient
experiences with CRCI that could potentially inform the
development of cancer-specific self-report assessments. Topic
modeling identified 2 topics from online comments that we
interpreted as representing “internal” and “external” factors
related to CRCI. Taken together, these topics suggested the
potential importance of locus of control when considering CRCI
symptoms.

A previous qualitative study regarding CRCI aso identified
perceived control as a major theme derived from interviews
with 12 participants [29]. Locus of control regarding health has
been shown to be important for cancer survivorship [30] and
quality of life [31], and is correlated with self-management
behaviors[32,33]. Importantly, locus of control has been shown
to be amodifiable factor in cognitive function [34]. One study
found a correlation between internal locus of control and
self-reported cognitive function in patientswith col orectal cancer
[35]. Internal locus of control isassociated with adaptive coping
[36], likely because it engenders a greater sense of agency and
mastery over one's situation. However, no studies have
examined the relationship between locus of control, coping
mechanisms, and cognitive impairment in patients with cancer.

A total of 6 categories were identified using content analysis
including symptoms, emational/psychol ogical impacts, coping,
“chemaobrain” is real, change over time, and function. Our
findings support themesidentified in previous qualitative studies
of CRCI such as cognitive symptoms, negative emotional
reactionsto cognitive changes, mgjor negative effectson quality
of life, trying different coping strategies, and a need for
validation [9,20-24]. However, our sample was much larger as
most previous qualitative studies have been conducted with
samplesof 10-25 participants. Thelargest study to dateinvolved
atotal of 74 breast cancer survivors [9]. Our study findings
summarize experiences of approximately 145 individuals,
representing the largest qualitative study on chemobrain to our
knowledge. Second, content analysisistypically used to analyze
data collected through individual interviews or small focus
groups. Our use of content analysis to evaluate a large volume
of public commentsis novel.

https://cancer.jmir.org/2022/2/e34828
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Our results indicated that each text analysis method provides
unique information and insights. Topic modeling indicated 2
topics, or categories, while content analysis indicated 6
categories. While the number of categories is different, there
was conceptual overlap in the categories. For example, the
content analysis categories symptoms, emotional/psychol ogical
impacts, and coping could align with the internal topic, while
“chemobrain” isreal, change over time, and functioning could
align with the external topic. In fact, both techniques pointed
to theimportance of coping mechanisms asasignificant theme.

As content analysis is used to develop an understanding of the
meaning of the intentions, consegquences, and contexts of the
words [19,27,28], the findings are inherently richer and can be
considered more “macroscopic” than topic modeling, which
focuses on the more “microscopic,” word level of narratives.
Topic modeling alowed for latent analysis of the forum
comments, which the content analysis did not. The locus of
control theme suggested by topic modeling was not readily
apparent from the online comments and thus this technique
provided increased depth of understanding.

Based on our findings, it would be important to include
guestions regarding coping mechanisms and locus of control
when assessing patients for CRCI. The ways in which patients
must adjust their approach to cognitive demands in real-world
situations may be a more sensitive measure of their cognitive
status than performance on a cognitive test. In fact, CRCI was
historically controversial due to normal performance on
cognitive tests by patients reporting cognitive deficits [12].
Some have suggested that patients are able to compensate for
or adapt to cognitive effects, masking the underlying deficit
[37]. However, compensation is effortful and the lengths that
one must go to adapt would be reflective of the masked deficit.
Currently, there are no standardized self-report measures for
CRCI that include evaluation of coping mechanisms. However,
the Compensatory Cognitive Strategies Scale was devel oped
and validated in persons with multiple sclerosis to measure the
frequency of using 24 cognitive strategies[38]. Thisscale could
easily be adapted and validated for use in cancer populations.

We would expect that patients with internal locus of control
would have greater tendency to utilize compensatory strategies
when dealing with cognitive effects. A focuson locus of control
could aso have implications for treating CRCI partly by
changing individual attributions regarding cognitive failures
[39]. Mindfulness-based interventionsfor CRCI [40] may work
via locus of control by exploring the way one thinks about
successes and failures. We previously suggested that cognitive
training may operatein part by increasing locus of control [41].
Currently, there are no standardized self-report measures for
CRCI that include evaluation of locus of control. However,
there are several existing locus of control measures, including
within the public domain, that could be used or adapted for the
evaluation of CRCI (eg, [42])

Limitations

Therdliability of topic modeling is affected by the sizes of the
corpus and its individual documents. While there are no set
benchmarks for these, larger samples are typically better for
distinguishing topics, and therefore, we may have lacked the
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ability to find additional latent topics. Even though content
analysis is commonly used in health sciences research to
characterize phenomena and generate theories, individual
interpretations can influence or bias the results of content
analysis [19]. The interpretation of latent topics is similarly
subjective.

Conclusions

Keder et a

donethusfar in terms of incorporating these themesinto actual
CRCI assessments. This may be due in part to the inherent
difficulty in acquiring large samples of data from traditional
qualitative methods or alack of qualitative researchersinvested
in this field. Applying topic modeling would aso be
advantageous in terms of increased analytical efficiency given
that it is largely automated. Although some advanced

computational and computer science expertiseisoften required
for such analyses, many user-friendly resources are currently
available, such as Amazon Comprehend (Amazon Web Services,
Inc), MonkeyLearn (MonkeyLearn, Inc.), RapidMiner
(RapidMiner, Inc.), and Google Cloud Natura Language
(Google, Inc.), which require little if any expertise.

Our results suggest that analysis of free-text narratives may
provide unique insights regarding subjective experience of
cognitive function that could guide development of new CRCI
assessments. Although this is not the first study to reveal
important qualitative themes related to CRCI, little has been
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Abstract

Background: Alternative cancer therapy is associated with increased mortality, but little is known about those who pursue it.

Objective: Weaimed to describeindividuals’ motivationsfor using alternative cancer therapies and determine whether motivations
differ based on individuals' timing of seeking alternative therapies.

Methods: We used data from 649 campaigns posted on the website GoFundM e between 2011 and 2019 for beneficiaries with
cancer pursuing alternative therapy. The data were analyzed using a mixed methods approach. Campaigns were categorized by
timing of alternative therapy (either before or after experiencing conventiona therapy). Qualitative analysisidentified motivational
themes. Chi-square tests of independence and Fisher tests (all 2-sided) determined significant differences in the presence of
motivational themes between groups.

Results: The expression of concerns about the efficacy of conventional therapy was significantly more likely in campaigns for
individuals who used conventional therapy first than in campaigns for individuals who started with alternative therapy (63.3%
vs41.7%; P<.001). Moreover, on comparing those who started with alternative therapy and those who switched from conventional
to alternative therapy, those who started with alternative therapy more often expressed natural and holistic values (49.3% vs
27.0%; P<.001), expressed an unorthodox understanding of cancer (25.5% vs 16.4%; P=.004), referenced religious or spiritual
beliefs (15.1% vs 8.9%; P=.01), perceived alternative treatment as efficacious (19.1% vs 10.2%; P=.001), and distrusted
pharmaceutical companies (3.2% vs 0.5%; P=.04).

Conclusions: Individuals sought treatments that reflected their values and beliefs, even if scientifically unfounded. Many
individualswho reported prior conventional cancer therapy were motivated to pursue alternative treatments because they perceived
the conventional treatments to be ineffective.

(JMIR Cancer 2022;8(2):€34183) doi:10.2196/34183
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Introduction

Alternative cancer therapy (ACT) is a subcategory of
complementary and alternative medicine, abroad term defined
by the National Cancer Ingtitute to comprise the multitude of
cancer trestment modalities outside the medical mainstream
[1]. Among these treatment modalities are mind-body therapies,
herbal supplements, special diets, and vitamin infusions.
Complementary therapies are used alongside the standard of
care as part of an integrative therapy plan created by a
multidisciplinary care team, while ACT is used in place of the
standard of care [1]. In other words, the same nonstandard
treatment modality may be defined as either a complementary
or an alternative therapy depending on whether it is applied as
a complement to the standard of care (ie, complementary
therapy) or as areplacement for it (ie, ACT) [2].

Research suggests that ACT use is common throughout the
world and is seen by many patients as a curative form of cancer
treatment [3-12]. Results from the 2018 American Society of
Clinical Oncology Cancer Opinions Survey found that nearly
40% of adults surveyed in the United States believe that cancer
can be cured through ACT aone[11]. These dataare worrying
because the efficacy of ACT for the treatment of cancer iseither
unproven or disproven and ACT use is linked to increased
mortality among cancer patients who abandon conventional
medical treatment [12]. Additionally, the high cost of ACT
procedures and associated travel, surpassing US $50,000 per
year for some cancer patients in the United States, may cause
financial harm to patients and their families[13-15].

Studieson ACT use are challenging, since cancer patients may
be hesitant to disclose ACT use to their providers[16]. Thisis
particularly true in terms of studies on treatment decision
making, since those who use ACT are often disconnected from
standard medical systems that conduct qualitative research.
Despite these challenges, research that improves the
understanding of the complicated and multiphasic waysinwhich
cancer patients decide to pursue ACT, including thetiming and
motivationsfor the decision, isnecessary toimprove health care
providers ability to care for an aready vulnerable patient
population [17]. Online crowdfunding sites, such as GoFundMe,
offer a novel approach for studying cancer patients' treatment
decisions [14,18,19]. Such sites are frequently used by cancer
patients to raise money to pay for medical expenses, including
both conventional and alternative therapies.

While previous studies have used datafrom crowdfunding sites
to study individuals who use both classifications of
unconventional therapy, we have focused our study on those
individuals who state that they have chosen to pursue ACT
exclusively [18,19]. This group is at the greatest risk for
increased mortality and, therefore, warrants special attention
[12]. The purposes of this study wereto (1) describeindividuals
motivationsfor using ACT and (2) explore whether individuals
who seek ACT before using the standard of care or conventional
cancer therapy (CCT) differ from individuals who pursue ACT
after using CCT. Addressing these questions will generate
informative data that may help medical providers identify
individuals likely to seek ACT, anticipate when they may be
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considering this decision, and proactively address potential
motivations prior to an individual foregoing or abandoning
CCT.

Methods

Design
Thiswas a cross-sectional mixed methods study of GoFundMe

campaigns created between 2011 and 2019 to raise money for
ACT for individuals with cancer.

Ethical Considerations

Specia ethical concerns were considered as part of this
internet-based research. Thisstudy did not involve aninteraction
or intervention with human subjects and was therefore exempt
from institutional review board review [20]. Study data were
extracted from publicly available campaignsin accordance with
the GoFundMe terms of service, which states that “any
information that is disclosed in [public campaigns] becomes
public information for both us [GoFundMe] and other usersto
use and share” [21].

Despite the public nature of the data, we recognized the need
to put additional protections in place, given the vulnerable
position of individualsrepresented in the GoFundMe campaigns.
Presenting qualitative data that were both publicly accessible
and deeply personal created a unique challenge for the
preservation of patient privacy, since any direct campaign quotes
presented in this publication could be used to identify the
organizers and beneficiaries, using internet search enginetools.
Contacting each campaign organizer or beneficiary, some of
whom were likely deceased, to obtain informed consent was
not feasible. Considering these chalenges and out of an
abundance of caution, we opted to paraphrase the exemplary
guotes presented in the qualitative results in a manner that
removed identifiable characteristics (geography, age, cancer
type, and gender, including replacing gender-specific pronouns
with they/their/theirs) whileretai ning the sentiments and themes
of the originals. Each paraphrased quote was queried by JP and
TW using Google Search to ensure the campaigns could not be
identified.

Data Source and Selection

A custom web scraping code was devel oped and used to search
GoFundMe for English language campaigns, using the term
“aternative cancer” (Multimedia Appendix 1). The search was
conducted on October 25, 2019, and yielded 795 campaigns
that wereinitiated between 2011 and 2019. Each campaign was
reviewed for eligibility according to the following criteria
written in English, inclusion of a campaign description, and
raising of funds for an individual with cancer seeking ACT. To
select campaigns that were seeking uniquely alternative rather
than complementary therapies, the text of the campaigns was
analyzed to determine whether the patients were using
unconventiona therapies simultaneously with conventional care
or in place of conventional care. In cases where the patient had
previously used CCT but had since stopped, the campaign was
classified as ACT. If the described therapy was complementary
or if the intent was ambiguous, the campaign was omitted. If a
campaign wasfound to be aduplicate of another, only 1 version
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was included in the study. Among the 795 campaigns, 17 did
not meet these criteria and were excluded. The remaining 778
campaigns were reviewed to determine the timing of the
beneficiary’s decision to pursue ACT. A campaign was only
included if it could be determined that the beneficiary sought
ACT either before or after experiencing CCT. Among the 778
campaigns, 129 did not contain sufficient details to determine
timing and were excluded, leaving 649 campaigns in the fina
analysis.

Statistical Analysis

Clinical, demographic, and treatment data were extracted for
the 649 campaigns. Variables included the individual’s gender,
nation of residence, primary cancer type, cancer stage, and ACT
modality. Each campaign was categorized by the timing of the
individual’'s decision to pursue ACT. “ACT first” included
individualswho had started their treatment with ACT, and “ACT
after CCT” included individuals who had used CCT prior to
seeking ACT. Campaigns were categorized into the “ACT after
CCT” group if the patients had ever received CCT prior to
seeking ACT, including for an earlier occurrence of the same
cancer or adifferent cancer. To categorize cases for timing, 50
casesweredually classified by 2 independent coders (k=0.750),
discordant cases were discussed, and procedures were clarified
before commencing independent classification of theremaining
campaigns.

Thetext of the campaign description wasanalyzed in ATLASL i
9 using applied thematic analysistechniques[22]. First, a subset
of 100 cases was inductively coded by 2 independent analysts
to identify themes related to motivations for using ACTSs.
Themeswere considered “ motivational” if they initiated, guided,
or informed the decisions of beneficiariesto pursue ACT. They
may not have been the sole rationale, but they were prominent
enough that the beneficiariesfelt they wereimportant to include
in their calls for donations. The codes were discussed in the

https://cancer.jmir.org/2022/2/e34183

Peterson et al

larger research team, and consensus was reached on a set of
codes that best captured themes across the campaigns. A
codebook was developed that included parent and child codes,
with definitions and exemplary quotes. The 2 analysts then
dually coded 50 transcripts (Krippendorff a=.745). Discordant
codes were discussed for consensus, and modifications were
made to the codebook to clarify code definitions. Theremaining
campaignswerethereafter coded individually by the 2 analysts.
Code reports were generated to synthesize the text associated
with each code and to quantify the number of campaigns in
which each code appeared.

Statistical analyses were performed using Stata, version 16.1
(Stata Corp). The demographic, clinical, and treatment
characteristics of the campaignswere described, and associations
with treatment timing (ACT first vs ACT after CCT) were
examined using chi-square tests of independence (for variables
with frequencies =5) and Fisher exact tests (for variables with
frequencies <5). Each code representing a motivational theme
was transformed into a variable, and campaigns were assigned
as having that theme present in the text or not. Chi-square tests
of independence or Fisher exact tests were used to assess
whether the presence of each motivational theme was associated
with treatment timing. All statistical tests were 2-sided.

Results

Demographic and Clinical Characteristics of the
Sample

The demographic and clinical characteristics of the individuals
represented by the 649 campaigns are shown in Table 1. Details
about the ACT modalities individuals pursued are shown in
Table 2. Of the 649 individuals represented by the campaigns,
371 (57.2%) sought ACT after using CCT and 278 (42.8%)
pursued ACT first.
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Table 1. Demographics and clinical breakdown of the sample by timing of the decision to use alternative cancer therapy.

Variable Total campaigns (N=649), n (%) ACT?first (N=278), n (%) ACT after ccTP (N=371),n (%) Pvalue®
Gender 47
Female 417 (64.3) 183 (65.8) 234 (63.1)
Male 232(35.7) 95 (34.2) 137 (36.9)
Cancer type <.001
Breast 171 (26.3) 82 (29.5) 89 (24.0)
Colorectal 70 (10.8) 24(8.6) 46 (12.6)
Lung 36 (5.5) 15 (5.4) 21(5.7)
Head and neck 35 (5.4) 25 (9.0) 10(2.7)
Brain 30 (4.6) 8(2.9) 22 (5.9)
Esophagus/gastric 28 (4.3) 16 (5.8) 12 (3.2)
Ovarian 28 (4.3) 7(2.5) 21(5.7)
Pancreas 26 (4.0) 5(18) 21(5.7)
Bone and soft tissue 24 (3.7) 9332 15 (4.0)
Lymphoma 22 (3.4) 11 (4.0) 11 (3.0)
Otherd 179 (27.6) 76 (27.3) 103 (27.8)
Cancer stage® 03
11, or Il 76 (20.8) 38(26.6) 38 (17.1)
\Y; 289 (79.2) 105 (73.4) 184 (82.9)
Primary residence .06
United States 524 (80.7) 235 (84.5) 289 (77.9)
Europe 57 (8.8) 23(8.3) 34(9.2)
Canada 43 (6.6) 15 (5.4) 28 (7.5)
Other 25(3.9) 5(1.8) 20 (5.4)

8ACT: alternative cancer therapy.
bCCT: conventional cancer therapy.
®From chi-square tests comparing patients in the “ACT first” and “ACT after CCT” groups.

dother cancersinclude anal , cervix, endometrial, leukemia, melanoma, nonmelanomaskin, liver and biliary, kidney, multiple myeloma, prostate, bladder,
neuroendocrine, thyroid, testicular, vulvar, and unspecified.

€Cancer stage was reported in 365 campaigns, with 143 in the “ACT first” group and 222 in the “ACT after CCT” group. These numbers were used as
the denominators for each cancer stage timing category.
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Table 2. Details of alternative cancer therapies pursued by the timing of the decision to use alternative cancer therapy.

Proposed ACT? Total campaigns (N=649), n (%)  ACT first (N=278), n (%) ACT after ccT? (N=371),n (%) Pvaue
Special diets 187 (28.8) 92(33.1) 95 (25.6) 04
Vitamins and mineras 155 (23.9) 77 (27.7) 78 (21.0) .05
Supplements 128 (19.7) 70 (25.2) 58 (15.6) .003
Intravenous infusions 119 (18.3) 55 (19.8) 64 (17.3) 41
Herbs and botanicals 101 (15.6) 53 (19.1) 48 (12.9) 03
Heat/light/sauna 65 (10.0) 39 (14.0) 26 (7.0) .003
Oxygen therapy (hyperbaric, etc) 62 (9.6) 32(115) 30(8.1) 14
Unknown injections 51 (7.9) 29 (10.4) 22 (5.9) .04
Homeopathy and naturopathy 44 (6.8) 20(7.2) 24 (6.5) 72
Ozone therapy (topical, intravenous, 40 (6.2) 20(7.2) 20 (5.4) 34
intramuscular)

Enemas 35 (5.4) 14 (5.0) 21(5.7) 73
Prayer 32(4.9) 17 (6.1) 15 (4.0) 23
Yogaor exercise 30 (4.6) 15(5.4) 15 (4.0) 42
Insulin potentiation therapy 27 (4.2) 17 (6.1) 10 (2.7) .03
Electromagnetic therapies® 25(3.9) 11 (4.0) 14 (3.8) .90
Massage 17 (2.6) 9(3.2) 8(2.2) .39
Acupuncture 14 (2.2) 8(2.9) 6 (1.6) 27
Meditation 14 (2.2) 6(2.2) 8(2.2) >.99
Other 19 (2.9) 14 (5.0) 5(13) .006

BACT: dternative cancer therapy.
BCCT: conventional cancer therapy.

CIncludes pulsed electromagnetic frequency therapy, Rife, electrocancer therapy, and galvanotherapy.

Motivational Themes

On examining the stated motivations for pursuing ACT, 4
primary themes (“Dissatisfaction with CCT,” “Compatibility
with belief system,” “Desire for greater personal control,” and
“Perceived efficacy of ACT”) were identified. Subthemes
emerged under “Dissatisfaction with CCT” (“Perceived
inefficacy,” “Adverse effects,” and “Financial concerns’) and
“Compatibility with belief system” (“Natural and holistic
values,” “Unorthodox understanding of cancer and/or therapy,”
“Distrust of medica professionals and hospitas,’
“Religious/spiritual reasons,” and “Distrust of pharmaceutical
companies’). The 4 most common motivational themes were
“Perceived inefficacy” of CCT (n=351, 54.1%), “Adverse
effects’ of CCT (n=281, 43.3%), “Natura and holistic values’
(n=237, 36.5%), and “Unorthodox understanding of cancer
and/or therapy” (n=132, 20.3%). Multimedia Appendix 2
provides a summary of all themes and subthemes, exemplary
guotations, and frequencies of campaignsin which thesethemes
occurred.

Comparison Between the Timing Groups

Most cancer types seen in this study were found to be
significantly more represented among campaigns for
beneficiarieswho were seeking ACT after CCT (P<.001) (Table
1). Only beneficiaries reporting head and neck cancers or
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esophageal/gastric cancers were more represented among
campaigns that sought ACT first (9.0% vs 2.7% and 5.8% vs
3.2%, respectively; P<.001). All other cancers (breast,
colorectd, lung, brain, ovarian, pancrestic, bone and soft tissue,
and lymphoma) were more common among campaigns that
reported seeking ACT after CCT (P<.001) (Table 1). Cancer
stage was reported in 365 (56.2%) campaigns analyzed. Among
these campaigns, stage IV cancers were significantly more
common in individuals who were seeking ACT after CCT than
ACT first (82.9% vs 73.4%; P=.03), whilethose reporting stage
[, 11, and Il cancers were more often seeking ACT first than
ACT after CCT (26.6% vs 17.1%; P=.03) (Table 1).

The campaigns for beneficiaries who pursued ACT asfirst-line
treatment were significantly more likely to seek the following
8 of 19 classes of ACT modalitiesidentifiedin thisstudy (Table
2): specia diets (33.1% vs 25.6%; P=.04); vitamins and
minerals (27.7% vs 21.0%; P=.05); supplements (25.2% vs
15.6%; P=.003); herbsand botanicals (19.1% vs 12.9%; P=.03);
heat, light, and sauna therapies (14.0% vs 7.0%; P=.003);
unknown injections (10.4% vs 5.9%; P=.04); insulin
potentiation therapy (6.1% vs2.7%; P=.03); and other therapies,
including electrical therapies such as galvanotherapy and Rife
therapy (5.0% vs 1.3%; P=.006).
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Campaigns for individuals who started with ACT were
significantly more likely to express natural and holistic values
(49.3% vs 27.0%; P<.001), demonstrate an unorthodox
understanding of cancer or cancer treatment (25.5% vs 16.4%;
P=.004), citetheir religious or spiritual beliefs (15.1% vs 8.9%;
P=.01), mention distrust of pharmaceutical companies (3.2%
vs 0.5%; P=.01), and make claims about the efficacy of the
chosen ACT (19.1% vs 10.2%; P=.001) (Multimedia A ppendix
2). Campaigns for individuals who pursued ACT after CCT
weresignificantly morelikely to perceive CCT to beineffective
(63.3% vs 41.7%; P<.001) (Multimedia Appendix 2).

Discussion

Principal Findings

This study highlights the diversity of motivations for choosing
to pursue ACT present among a smal sample of
English-speaking GoFundMe users. Most individuals featured
in the GoFundMe campaigns had prior experience with CCT
and pursued ACT primarily because of their perception that
CCT was not effective. Not surprisingly, metastatic disease and
concerns about the inefficacy of CCT were both significantly
more common among the same class of campaigns. Thelimited
treatment options available to these individuals may have
prompted an interest in ACT as a last resort. This may seem
acceptable to maintain hope and preserve patient autonomy;
however, improved communication between physicians and
patientsis needed to discuss the physical and financial risks of
unproven treatments. When patients have exhausted all options
for evidence-based therapies, shared decision-making and
coordination with supportive oncology services, palliative care,
and other necessary providers should be prioritized and initiated
early intheir careto improvetheir care experience and maintain
quality of life.

The role that beliefs and values play in guiding the decisions
regarding cancer care can be seen in the campaigns for
individuals in our sample, who chose to pursue ACT as their
first mode of treatment. Campaigns for these individuals were
more likely to expressadesire for care that was consistent with
their personal beliefs, particularly avalue-based preference for
natural healing. In some campaigns the desire for a more
“natural” therapy was closely tied to an incorrect understanding
of cancer biology, often surrounding the immune system’s
capacity to fight cancer. A total of 132 (20.3%) campaignscited
pseudoscientific information as the reason for pursuing ACT,
underscoring theimpact of medical misinformation, often from
online sources, in persuading individuals to use cancer
treatmentsthat are not evidence-based [23]. Frequently, seeking
natural carewas conveyed asamark of faith. Rather than putting
their confidencein secular science, the beneficiaries stated that
they were manifesting their trust in God's ability to heal by
refusing CCT. The beliefs that motivated individuals to use
ACT as a first-line therapy commonly drew from multiple
sources, blending in a way that was deeply persona and
grounded in one’s identity and core values.

These results highlight the dilemmafaced by medical providers
who strive to respect patient autonomy while encouraging
patients to pursue evidence-based treatment [24]. Despite these
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challenges, medica communication research offers some
guidance on facilitating open goal-concordant and
patient-centered care conversations in these situations. A
medical provider’sability to actively listen, express compassion,
and build arelationship with hisor her patients has been shown
to increase trust and counter false medical information [2,25].
Establishing a strong therapeutic alliance may make it easier
for patients who lack trust in mainstream medicine or hold
unorthodox medical beliefsto discusstheir concerns morefreely
with medical providers.

It remains unclear why certain ACT modalities, such as
supplementsand herbal remedies, were more represented among
campaigns seeking ACT first. It ispossiblethat thisisaproduct
of the selection bias generated by gathering information from
English-speaking individuals, most of whom are US residents
with internet access. A larger more diverse sample might have
produced different results. The relative frequency of these
modalitiesis similar to the findings of previous research using
GoFundMe data. Intheir 2018 investigation into complementary
and aternative cancer treatment use, Song et a found special
diets, herbal remedies, oral vitamin and mineral supplements,
and vitamin injections to be among the top 10 most frequently
used modalities[19]. The results of this paper, while limited to
alternative cancer treatments, nonetheless also found special
diets, ora vitaminsand minerals, supplements, herbal remedies,
and intravenous vitamins to be the most sought-after forms of
ACT. An additional study iswarranted to understand why these
therapies are consistently desirable. Furthermore, as research
expands the number of evidence-based options available to
patients, the list of therapies that are considered CCTs will
continueto evolve. It may be valuable to monitor how emerging
therapeutic ~ approaches, including immunotherapy,
nanostructures, and tumor-selective delivery of chemotherapy,
will impact trends in the use of ACT modalities [26,27].

Internet Research Ethics

In conducting this study, we carefully weighed the ethical
considerations of using social media data and took steps to
protect the identity of vulnerable individuals who created
GoFundMe campaigns. In recent years, internet research has
highlighted the importance of protecting the agency and privacy
of online research subjects [28-30]. The descriptive approach
takeninthisstudy yielded insightsinto medical decision-making
without interacting or providing an intervention with human
subjects [20]. Multimedia Appendix 2 provides examples of
how public, but potentially sensitive, qualitative data can be
presented in a way that preserves both its meaning and the
sources privacy [29].

Limitations

This novel approach to conducting research with a particularly
difficult-to-study cancer population provides important
descriptive information about individuals who pursue ACT.
Nevertheless, the study’s findings must be considered in light
of itslimitations, primarily the reliance on campaign texts that
were written for the purpose of soliciting financial support for
individuals seeking ACT. Here, we attempted to identify
motivational themes among those using only alternative
therapies. Theterm “ alternative cancer” was used to potentially
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exclude those patientswho are using reiki, homeopathy, Gerson
therapy, or other specific therapies with their CCTs, or are
otherwise defined as complementary medicine users. We
acknowledge that in an effort to exclude those receiving
complementary medicines, we may have underascertained some
users of ACTs. However, this term is highly specific and still
resulted in the largest qualitative study, known to date, of
patients receiving alternative medicinesfor cancer. Information
content was inconsistent across campaigns, and some campaign
descriptions were written by close friends and family rather
than directly by the individuals living with cancer. We felt that
it was still appropriate to include these campaigns authored by
close friends and family because they were often intimately
involved throughout the diagnosis and medical decision-making
process. Additionally, we did not want to exclude campaigns
for patients whose health condition or technological literacy
may have prevented them from independently writing and
organizing their GoFundMe campaigns. Moreover, we
acknowledge the possibility that fraudulent campaigns were
inadvertently included in this study and acknowledge our
dependence on the GoFundMe fraud detection system to
minimize this risk. To mitigate the possibility of including
fraudulent campaigns, we excluded campaigns that did not
include text or information detailed enough to determine the
timing of alternative therapy [21]. Some characteristics of the
data may limit their generalizability. Not all ACT users utilize
crowdfunding, and our data likely excluded individuals with
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limited access to the internet, individuals without broad social
networks, and individuals who could afford to self-fund their
treatments. Though the sample size of 649 campaignsisinline
with other studies performed using GoFundMe data, the
inclusion criterion of English language presents a bias toward
an English-speaking US-based population, which limits the
generalizahility of theseresultsto abroader population. Finally,
theindividual s represented by the campaignswere not contacted,
and thus, the information provided about their treatment and
diagnosiswas not verifiable. Notwithstanding these issues, this
research yielded a large amount of data that could serve as a
starting place for futureimportant investigationsinto larger and
more generalizable populations.

Conclusions

Individuals represented by the GoFundMe campaigns in our
sample chose to pursue ACT at different pointsin time during
their treatment course, and the sequence of their decisions is
associated with specific clinical profiles and motivations. The
results of this study emphasize the importance of providers
having candid and compassi onate discussionswith their patients
throughout the course of treatment, starting at diagnosis and
continuing as the disease and treatment progress. Just as
individuals’ motivations differed depending on when they chose
to pursue ACT, so too should providers' responses. By learning
what makes ACT an attractive option, medical providers can
better respond to patients’ beliefs and values, and advocate for
evidence-based treatment.
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Abstract

Background: Patients with multiple myeloma (MM) have high information needs due to the complexity of the disease and
variety of treatments. Digital voice assistants provide support in daily life and can be a convenient tool that even older patients
can use to access health information. Voice assistants may therefore be useful in providing digital health services to meet the
information needs of patients with MM.

Objective:  We aim to describe and report on the development, content, and functionality of the first Amazon Alexa voice
assistant skill for patients with MM in Germany with the goal of empowering and educating patients. Further, we share data on
skill usage and first learnings.

Methods: In a cocreation workshop with MM patient organizations and MM medical experts in Germany, Takeda Oncology
discussed the development and content of the Alexa skill Multiple Myeloma. Patient information on MM disease, diagnostics,
and therapy was presented in a question-and-answer format, reviewed by experts, and programmed into the skill. Additionally,
asearch function for finding patient support groupswithin aperimeter of 200 km around the users and amyelomaquiz functionality
with multiple-choice questions were integrated into the skill. Aggregated retrospective dataon the total number of skill installations
and skill usage were retrieved from an Amazon Alexa devel oper account, and a web-based patient survey was conducted on the
Takeda Oncology website.

Results:  The Alexa skill Multiple Myeloma was launched in September 2019. It was available free of charge on the German
Amazon Alexaskill store between September 2019 and March 2022 and could be used with devices featuring the Amazon Alexa
voice assistant. Since the launch in September 2019 and up to July 2021, atotal of 141 users have installed the skill. Between
July 2020 and July 2021, atotal of 189 skill sessionswith 797 utteranceswere analyzed. The most popul ar inquirieswere searches
for patient support groups near the users (58/797, 7.3%), followed by inquiries about information on MM disease (53/797, 6.6%)
and the quiz (43/797, 5.4%). The web-based survey on voi ce assistant usage and the feedback on the Alexa skill Multiple Myeloma
were collected from 24 participants and showed that 46% (11/24) of participants would recommend the Alexa skill. Nonusers of
voice assistants (11/24, 46%) stated that data protection concerns (7/11, 64%) and a lack of need (6/11, 55%) were the most
important factors of not using voice assistants.

Conclusions. The Alexa skill Multiple Myeloma offers patient-friendly and expert-reviewed answers and explanations for
medical terms related to MM disease, diagnostics, and therapy, as well as connections to patient support groups and a quiz
functionality. In the future, the skill can be extended with new content and functionalities, such as medication adherence support.

(IMIR Cancer 2022;8(2):€35500) doi:10.2196/35500
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Introduction

Multiple myeloma (MM) is a malignant disease that is
characterized by the presence of monoclonal plasma cells in
bone marrow [1]. It is the second most frequent hematologic
malignancy and accounts for 2% of all cancers[2]. ASsMM is
diagnosed at a median age of 69 years, MM typicaly affects
older individuals [1]. Despite advances in diagnostics and
treatment that have resulted in the more than doubling of the
median overall survival rate, MM remainslargely incurable[3].
Patientsfrequently survive=>10 yearswith the disease but require
repeated treatment courses and ultimately enter a refractory
state. Further, significant morbidity, which limits patients
quality of life, is related to MM-induced bone damage and
impaired kidney function, anemia, and hypercalcemia, as well
as treatment-related toxicities [1]. The awareness of being
diagnosed with an incurable disease further adds to the heavy
burden on psychological well-being [4].

The complexity of the disease; the plethora of diagnostic and
follow-up tests; and the various treatment options, including
autologous stem cell transplantation, have resulted in a high,
continuous information need in affected patients [5-7].
Receiving a diagnosis of MM and being confronted with
specialized medical terms can be very overwhelming, and
patients, aswell astheir caregivers, are often unable to address
all of their questionsdirectly to ahealth care professional when
they occur. In addition, they may al so be concerned about asking
“stupid” questions or wasting the time of health care providers
(HCPs). Thus, there is a need for patients and their familiesto
have easy access to basic and accurate information at the time
they need it and not at their next formal appointment [6,8].
Patient brochures or information on the internet might not be
easily accessiblefor all patients, trustful sources on the internet
arenot easy to select dueto the overflow of search engineresults
upon information retrieval, and older patients might have
difficulties with reading or using a computer. With regard to
bridging the gap between information needs and easy accessto
validated information, voice assistants may play an important
role[9].

The Amazon Alexa voi ce assistant offers education and support
in daily life and a new opportunity for providing convenient
accessto health information that can be delivered in a patient’s
home [10]. The assistant has the potential to reach patient
populations, especially older patients and patientsliving in rural
areas, who otherwise might not engage with education and
support. Alexaskillsare small programsthat are similar to apps;
people can use them to obtain validated and expert-reviewed
content instead of searching for such content viasearch engines.
Alexa skills can be used with devices featuring Amazon Alexa
(eg, Amazon smart speakersor smart televisions[ TV g]) or with
any smartphone that has the Amazon Alexa app and the
integrated Alexavoice assistant. In 2019, the United Kingdom's
National Health Service (NHS) announced a partnership with
Amazon Alexa, which ams to provide reliable heath

https://cancer.jmir.org/2022/2/€35500

information from the NHS website through voice-assisted
technology. The partnership claims to be a “world first” and
aimsto aid patients, especially older patients and patients with
blindness, who cannot easily search for advice on the internet.
The NHS expects voice-assisted technology to reduce the
pressure on the NHS and HCPs by providing information for
common illnesses[11,12]. In Germany, several health insurance
programs have started to launch Alexa skills. Techniker
Krankenkasse (“TK health insurance”) offers meditation
training, mindfulnesstraining, and relaxation exerciseswith the
Alexa skill TK Smart Relax [13,14]. Deutsche
Angestellten-Krankenkasse (“DAK health insurance”) offers
exercises for people with dementia via the Alexa skill
Erinnerungs-Coach [15]. The Alexa skill Knappschaft
Babygluck offers weekly information and health advice during
pregnancy [16]. However, although some Alexa health skills
are available, there are nonefor MM (or oncology) in Germany
yet.

We therefore developed the first Alexa voice assistant skill for
MM in collaboration with patient organizations and HCPs, with
the aim of educating and empowering patients with MM and
their families.

Methods

Ethical Consider ations

No application for an ethics review board assessment was
submitted. As the retrieval of Amazon Alexa usage data was
covered by data protection regulations and the data were made
available by Amazon only in aggregated form, no individual
user data were analyzed.

Participants

The participants included Takeda Oncology, MM patient
organizations (Myelom Deutschland e.V., Leukaemiehilfe
Rhein-Main [LHRM] e.V., and Arbeitsgemeinschaft Multiples
Myelom [AMM]-Online), and MM medica experts
(office-based and hospital-based experts).

Procedure

In June 2019, a cocreation workshop with 3 patient organi zations
(Myelom Deutschland e.V., LHRM e.V., and AMM-Online)
and MM medical expertswas organized by the pharmaceutical
company Takeda Pharma Vertrieb GmbH & Co. KG, Berlin,
Germany, to discuss the devel opment and content of the Alexa
skill Multiple Myeloma. Patient information on MM disease,
diagnostics, and therapy was presented in aquestion-and-answer
format (Alexa intents), reviewed by experts, and then
programmed into the skill. The Alexa skill is able to answer
guestionsthat vary interms of wording but have the sameintent
aslong as it recognizes similar keywords. For example, a user
can ask "what are myelomacells’ or “what do you know about
plasmacells’ and receive the same expert-reviewed answer for
explaining that myeloma cells are abnormal plasma cells. In
alignment with German laws on advertising health-related

JMIR Cancer 2022 | vol. 8| iss. 2 |€35500 | p.85
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

products and services (Heilmittelwerbegesetz) [17], no
infformation on specific medications was added, and
patient-friendly language was used. Changesin information on
MM disease, diagnostics, and therapy, as well as new
information (eg, MM-related information on COVID-19
pandemic), could be rapidly programmed into the skill as new
intents at any time. Additionally, a search function for finding
patient support groups within a perimeter of 200 km around the
users, which is based on publicly available data from patient
organizations, was integrated in the skill. Further, to enrich
interactivity, an MM quiz functionality with multiple-choice
guestions was added. The Alexa skill Multiple Myeloma was
launched in September 2019, and it was available at no cost on
the German Amazon Alexa store between September 2019 and
March 2022. It can be used on different devices, including smart
speakers, smart TVs, and smartphones by using the Amazon
Alexa app with the integrated Alexa voice assistant. The skill
is activated with the easy and intuitive keywords Alexa,
start/open Multiple Myeloma.

Usage Data

Usage data were retrieved retrospectively and in aggregated
form, in accordance with data protection standards, from an
Amazon Alexadevel oper account. These dataincluded thetotal
number of skill installations (user enablements) sincethe skill’s
launch, as well as the number of sessions and inquiries
(utterances) that were conducted from July 1, 2020, through
July 1, 2021, and the topi cs (intents) that were the most popul ar
during the same time frame.

Patient Survey

To collect data on users' first experiences with the Alexa skill,
a web-based patient survey was conducted on the Takeda
Oncology website. The survey consisted of 6 questionsregarding
the usage of voice assistants and experiences with the Alexa
skill Multiple Myeloma, which were answered in a
multiple-choice or free-text format. The survey was promoted
by Takedaand via patient organization communication channels.
The results were analyzed by using descriptive statistics in
Microsoft Excel.

Promotion

By performing multichannel promotion viaa Google AdWords
campaign, web-based banners, print advertisements, and flyers,
we aimed to reach as many patients as possible. A website with
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an educational video on how to usethe skill should additionally
empower and motivate patients to use the skill [18].

Results

Skill Features

The Alexa skill Multiple Myeloma was launched in September
2019 to empower and educate patients with MM and their
families by offering easy access to validated information. The
primary features of the skill are answering frequently asked
guestions and explaining medical termsrelated to MM disease,
diagnostics, and therapy based on underlying expert-reviewed
content. The skill currently contains over 30 intents for
answering questions regarding MM disease, diagnostics, and
therapy (Multimedia Appendix 1). With regard to myeloma
disease, questionslike “what are myelomacells’ and “what are
typical symptoms’ can be answered. Further, the skill answers
guestions regarding myeloma diagnosis, such as “how is
myeloma diagnosed” and “what do you know about
cytogenetics,” and questions regarding myeloma therapy, such
as “how is myeloma treated,” "why are combination therapies
used,” and “what is a stem cell transplantation?’ Sample
questions and answers are shown in Figure 1.

A search function for 29 local German support groups for
patients with myeloma was integrated into the skill. This
function searchesfor patient support groupswithin the perimeter
of 200 km around the users (eg, “What patient support groups
are near me?’) or in a specific city (eg, “Is there a patient
support group in Berlin?") based on publicly available datafrom
patient organizations (Multimedia Appendix 1). The agorithm
of the search function is shown in Figure 2.

Aninteractive feature—an MM quiz functionality that provides
multiple-choice questions that change on aweekly basis—was
added to the skill. The quiz functionality can be actively started
either by usersasking for the quiz or by userswaiting until they
are asked if they want to answer the weekly quiz question after
starting the skill. Alexa then provides the questions and 3
possible answers—"a,” “b,” and “c” (Multimedia Appendix 1).
The users choose an answer and receive feedback on the answer.
Thereafter, the skill offersthe option for additional educational
information (“Do you want to learn more on this?’). A sample
question is shown in Figure 3. The quiz agorithm is shown in
Figure4.
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Figure 1. Examples of question-and-answer content from the Alexa skill “Multiple Myeloma." The original German content was translated for this
publication.

Question from user: What are myeloma cells?
Answer Alexa: In multiple myeloma, the plasma cells are degenerated — this means that they are different from healthy cells. The degenerated plasma
cells are called myeloma cells. They divide uncontrollably and produce vast quantities of functionless antibodies even without a pathogen.

Physicians refer to these antibodies as monoclonal or M-proteins.
Question from user: What do you know about cytogenetics?

Answer Alexa: Determining cytogenetics in multiple myeloma is important because myeloma cells can become more aggressive due to certain
mutations. Typical examples in multiple myeloma are the translocation t(4/14) or the deletion del(17p). This may have an impact on therapy

selection.
Question from user: What is autologous stem cell transplantation?
Answer Alexa: Autologous stem cell transplantation is the transplantation of the patient's own stem cells. High-dose chemotherapy followed by

transplantation of the patient's own stem cells is standard therapy for patients with good general health, even at an older age. Do you want to

know more?

(If yes) In order to destroy as many tumor cells as possible, a very high dose of chemotherapy is administered. This destroys the so-called hematopoietic
bone marrow, i.e. also the healthy cells. Therefore, before the start of the high-dose chemotherapy, stem cells are taken from the patient's blood, then

the high-dose chemotherapy is administered and then stem cells are returned after completion of the treatment.

Figure 2. The algorithm of the search function for finding support groups for patients with multiple myeloma.

"Are there support
groups near me?"

"There is a group within 200 km.
The group <name> is located in

<city>.

"There are <number> groups within
200 km. <name=> is the closest one

located in <city>. Do you want me to
tell you the locations of the other
groups as well?"

"There are 2 groups within 200 km
<name=> is the closest one, located in
<city>. / <name> and <name> are both
located in <city=."

"Unfortunately, there is no support
group in a 200 km radius. <name> is
the closest one and located in
<city>. f <name> and <name> are
the closest groups located in <city>."

"The other groups are located
in <city>, <city> and <city>."

"You can find a map of all the support
groups and the exact addresses at
www.myelom-deutschland.de/
selbsthilfegruppen/”

Figure 3. Sample question from the quiz in the Alexa skill “Multiple Myeloma”.

Myeloma cells are malignant plasma celis. What is the function of normal/healthy plasma cells in the body?

A — Normal plasma cells produce antibodies (correct answer)
B — Normal plasma cells produce blood plasma

C — Normal plasma cells build bones

Do you want to learn more?

Plasma cells are part of the immune system. Normal healthy plasma cells produce antibodies to fight infections and release them into the bloodstream.
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Figure 4. The algorithm of the multiple myeloma quiz functionality.

v

What's the
weekly quiz?
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The trivia question
for this week is: <question>
Say A for <anwer A=, say B for
<answer B> or C for <answer
C=. Which answer is correct?

|

5 Cancel

Incorrect |-

That is incorrect. The correct
answer is answer X: <answer X>,
Do you want to know more about

this?

Correct

That is correct.
Would you like to learn more
about this?

<info text>
How else can | help you?

L.&

User

Usage Data

A total of 141 users (user enablements) have installed the skill
sinceitslaunch (September 18, 2019, through July 1, 2021). In
thetime frame of thelast 12 months (July 1, 2020, through July
1, 2021), a total of 189 skill sessions were retrospectively
analyzed, whichincluded 797 inquiries (utterances), indicating
approximately 4 interactions per session. The most popular skill
topics during this time frame were patient support groups near
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Okay. Is there
anything else you
would like to know?

the users (58/797, 7.3%), information on MM (53/797, 6.6%),
and the weekly quiz function (43/797, 5.4%). The average user
retention rate in the analyzed time frame (3 usersweek)
decreased from 100% at itsfirst useto 18.3% in week 1, 12.9%
inweek 2, and 1.3% in week 5. This was expectable, since we
did not provide new content or news each week. Due to the
limited number of total users and sessionsin the analyzed time
frame, the available usage data were not suitable for a more
detailed analysis that would allow for useful interpretations.
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The web-based survey on voice assi stant usage and the feedback
on the Alexa skill Multiple Myeloma were collected from 24
participants. These were patients and patient representatives
(15/24, 63%), caregivers (6/24, 25%), HCPs (2/24, 8%), and
other types of participants (1/24, 4%). Further, 54% (13/24) of
the survey participants reported the prior usage of voice
assistants (ie, mainly for listening to music or the radio and
searching for information). Nonusers of voice assistants (11/24,
46%) stated that data protection concerns (7/11, 64%) and a
lack of need (6/11, 55%) were the most important factors of not
using voice assistants in general. Additionally, 50% (12/24) of
participants had tested 1 or more functions of the Alexa skill
Multiple Myeloma, and 46% (11/24) of participants would
recommend the Alexa skill.

Discussion

Principal Findings

At MM diagnosis and during the MM disease course, patients
with MM and their families are confronted with a lot of
information and medical terms related to MM disease,
diagnostics, and therapy, generating many questions. Often,
patients and their families are not able to addresstheir questions
to an HCP directly when they occur. Hence, thereisaneed for
patients and their families to have easy access to accurate,
expert-reviewed information at the time they need it and in
between formal appointments[6,8]. Further, patientswith cancer
are more vulnerable to the COVID-19 pandemic, which can
impact their psychological health as well as their access to
clinics [19,20]. As patient brochures or information on the
internet might not be easily accessible for all patients and as
older patients might have difficulties with reading or using a
computer, voice assistants could offer a new opportunity to
patients and their families. The Alexa skill Multiple Myeloma
can be used with different devices, including smart speakers
and smart TVs, and with smartphones by using the Amazon
Alexa app with the integrated Alexa voice assistant. As al
content of the Multiple Myeloma Alexa skill has been reviewed
by cross-functional experts, theinformation isvalidated and is
explained in patient-friendly language.

Although many questions can currently be answered by the
skill, the content does not cover all possible questions, leaving
room for futureimprovement. Furthermore, there arerestrictions
on content that pharmaceutical companies provide to patients
based on laws and regulations in Germany; therefore, for
example, no information on medications can be provided. The
dataon participants’ first use of the skill, although limited, show
that the most popular skill features are directing patientsto local
patient support groups (58/797, 7.3%), followed by information
on MM disease (53/797, 6.6%) and the weekly quiz function
(43/797, 5.4%). The usage data, our patient survey, and personal
feedback from medical expertsand patient support groups have
brought to light key challengesin using amedical voice assistant
skill. Asthe median age of patientswith MM at diagnosisis 69
years[1], this patient group may be difficult to reach viadigital
advertisement, and there are often technical obstacles that need
to be overcome to install and use voice assistant skills.
Therefore, we have added step-by-step instructions on how to
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use the skill for different devices, and our advertisements for
the skill highlight the facts that no smart speaker is needed and
that the skill can also be used with any smartphone that has the
Alexa app. Aswe have identified data privacy concerns (7/11,
64%) as obstacles that limit more widespread adoption,
especiadly since it was made public that an Amazon team
listened to Alexarecordingsto train its speech recognition and
natural language understanding systemsin 2019 [21], we further
educated patients (via our advertisement of the skill) on
guestions regarding general data privacy concerns with voice
assistants. We highlighted that users can change the Alexa
privacy settingsin the Alexaapp if they do not want their voice
recordings to be listened to by Amazon employees to improve
Alexa's services. Patient support groups suggested offering
training to their local groups to introduce the skill and more
effectively inform the patient populationsin need of such askill.
Ideally, the initial installation and settings (including data
privacy settings) are set up under the supervision of an
experienced user (eg, in the context of patient support groups).
Further limitationsinclude the lack of experience with and use
of voice assistantsin daily life.

The speech recognition and interpretation of the questions are
critical to the quality of the answers given by Alexa, even more
so since specialized medical terms are being used. A failureto
correctly understand or interpret the users questions was
reported when using the skill. To improve these limitations, the
skill’s content base could be expanded to cover more topics that
are of interest to the users. Also, the addition of further
utterances (wording variations of questions) to the existing
intents would help users easily find their desired content.
Generally, the more frequent use of the Alexa skill could
improve its understanding and interpretation abilities through
Amazon Alexa s artificial intelligence engine. Further, training
Alexa to respond to a user's voice can aso contribute to the
skill’s improvement.

Discussions about the future usage of Alexa skills and voice
assistants for patients with MM among HCPs and patient
organizations indicated that digital assistants and companions
could be useful for promoting and supporting patients
medication adherence. Proactive daily notifications, which can
possibly be delivered via Alexa skill “routines,” for asking
patients about their well-being, documenting side effects, and
providing medication reminders could be useful additional
features of an extended skill, thereby offering patients a more
holistic “companion” during therapy. Medication adherence
reminder systemsfor digital home assistants are currently being
evaluated by investigators [22]. Side effects could possibly be
documented in a diary function for patients’ next visit with a
health care professional, and the voice assistant could ask
patientsto talk to their physician and offer to make acal if the
algorithm detects side effects that should be looked at
immediately. Functionsthat provide newson MM advancements
in research and patient care could also be interesting features,
especialy if they can be madeto adhere to datacompliance and
Heilmittelwerbegesetz regulations. Finally, voice assistants
could also be useful in myelomaclinical studies, asthey can be
used to collect patient-reported outcomes via voice commands
to make data collection easier and more comfortable for patients.
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Conclusions questions, explains medical terms, identifies nearby patient

The Alexa skill Multiple Myeloma answers frequently asked support groups, and includes a quiz with the goal of educating
and empowering patients with MM.
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Abstract

Background: Self-monitoring of physical activity (PA) using an accel erometer is a promising intervention to stimulate PA after
hospital discharge.

Objective: This study aimed to evaluate the feasibility of PA self-monitoring after discharge in patients who have undergone
gastrointestinal or lung cancer surgery.

Methods: A mixed methods study was conducted in which 41 patients with cancer scheduled for lobectomy, esophageal
resection, or hyperthermic intraperitoneal chemotherapy were included. Preoperatively, patients received an ankle-worn
accelerometer and the corresponding mobile health app to familiarize themselves with its use. The use was continued for up to
6 weeks after surgery. Feasibility criteriarelated to the study procedures, the System Usability Scale, and user experiences were
established. In addition, 6 patients were selected to participate in semistructured interviews.

Results: The percentage of patients willing to participate in the study (68/90, 76%) and the final participation rate (57/90, 63%)
were considered good. The retention rate was acceptable (41/57, 72%), whereas the rate of missing accelerometer data was
relatively high (31%). The mean System Usability Scale score was good (77.3). Interviewed patients mentioned that the
accelerometer and app were easy to use, motivated them to be more physically active, and provided postdischarge support. The
technical shortcomings and comfort of the ankle straps should be improved.

Conclusions: Self-monitoring of PA after discharge appears to be feasible based on good system usability and predominantly
positive user experiences in patients with cancer after lobectomy, esophageal resection, or hyperthermic intraperitoneal
chemotherapy. Solving technical problems and improving the comfort of the ankle strap may reduce the number of dropouts and
missing datain clinical use and follow-up studies.

(IMIR Cancer 2022;8(2):€35694) doi:10.2196/35694
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Introduction

Surgery is an essential curative treatment option for patients
diagnosed with gastrointestinal or lung cancer; however, it has
a major impact on daily functioning and quality of life [1-3].
Most patients experience incomplete or delayed recovery of
physical functioning after major thoracic or abdominal surgery
[2-4].

During hospitalization, stimulation of physical activity (PA)
has been shown to enhance the recovery of physical functioning
[2,4-6], reduce the postoperativerisk of readmission, and shorten
the length of hospital stay [7,8]. Therefore, PA promotion is
integrated into Enhanced Recovery After Surgery (ERAYS)
programs [9]. The am of ERAS programs is to reduce
postoperative complications and improve postoperative
recovery. However, ERAS programs are mainly limited to the
period of hospitalization, whereas encouraging PA after hospital
discharge is also important for improving functional recovery
[10,11].

In their own environments, increasing PA levels and resuming
daily activities can be challenging for patients. They may
experience barriers such as physical symptoms, insecurity, lack
of motivation, or social support in doing so [12]. The use of
body-worn accelerometers can support patients in resuming
their daily activities after cancer surgery [10,13]. Such devices
enable self-monitoring of and feedback on PAs by quantifying
the frequency and intensity of human movement [14].

Adequate use of accelerometers for PA self-monitoring is an
important prerequisite for its potentia positive effect on
functional recovery. Severa studies have shown the feasibility
of PA self-monitoring in patients who have undergone major
(oncological) surgery, each using a different device [15,16].
Qualitative data on experiences with PA self-monitoring in
these patients are largely unknown [17], and these experiences
may add to the knowledge about potential barriersto the use of
this technology and may help resolve them [18].

Therefore, this study aimed to collect both quantitative and
qualitative data to investigate the feasibility of self-monitoring
of PA using accelerometers after hospital discharge in patients
with cancer who have undergone gastrointestinal or lung cancer
surgery.

Methods

Ethics Approval

The study was approved by the medical research ethics
committee of the Amsterdam University Medical Centers,
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location Vrije Universiteit Medical Center (registration number
2018/112). All patients provided written informed consent.

Study Design

A feasihility study with amixed methods design was performed
between April 2019 and April 2020 in patients with
gastrointestinal or lung cancer scheduled for surgery. Theformal
sample size was not calculated. Instead, a convenience sample
with a 1-year inclusion period was chosen. Self-monitoring of
PA after hospital discharge was evaluated using aquestionnaire
and interviews conducted in April 2020, and the study
procedures were eval uated using administrative data during the
course of the study.

Participants

The inclusion criteria were adult patients with gastrointestinal
or lung cancer who wereinvited for preoperative physiotherapy
screening between April 2019 and April 2020 at the outpatient
clinic of our tertiary teaching hospital (Amsterdam University
Medical Center, location Vrije Universiteit Medical Center),
which included patients scheduled for alobectomy, esophageal
resection, or hyperthermic intraperitoneal chemotherapy
(HIPEC). Exclusion criteria were <7 days between inclusion
and surgery, emergency procedures, patients who are
nonambulatory, and no accessto or not ableto use asmartphone
or tablet.

Intervention

Potentially €eligible patients were informed about the study by
thetreating physiotherapist during the preoperative consultation.
Patients who were willing and eligible to participate received
the Physical Activity Monitor (PAM) AM400 3-axis
accelerometer (Pam BV Doorwerth) and were given access to
the corresponding smartphone app called Atris (Peercode BV,
Geldermalsen; Figures 1 and 2). The PAM was selected for this
study as (1) the PAM AMA400 was found to be a suitable
movement sensor to validly measure activity minutes [19]; (2)
the battery of the PAM lasts for approximately 1 year,
eliminating the need for patients to recharge the device; (3) the
data of the PAM can be synced directly to a web-based
application, enabling remote monitoring by clinicians; and (4)
the PAM can be worn around the ankle and is waterproof to
allow 24/7 wearing. The PAM measures PA continuously and
provides the total PA every 15 minutes. With the Atris app,
patients were able to self-monitor their daily PA levels and
received feedback on the number of active minutes per day.
Patients were able to set personal activity goals in the app by
themselves.
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Figurel. The Physical Activity Monitor.
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Figure 2. Atrisapp.
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All patients received the usua pre- and postoperative
physiotherapy care. During the standard preoperative
consultation, potential risk factors (eg, smoking or sedentary
lifestyle) for delayed postoperative recovery were identified,
leading to personalized advice for improving preoperative
physical fitness. In addition, the patientswere given instructions
about the PAM and Atris app. The physiotherapist informed the
patient that the app provided insights into the recovery of PA
and advised them to use the app to resume their daily activities
after surgery. Patients were asked to start wearing the PAM 24
hoursaday in astrap around the anklefor at least 7 days before
surgery to familiarize themselves with its use.

During hospitalization, patientsreceived standard physiotherapy
consultations and were stimulated to mobilize according to a
daily mobilization goal following the ERAS protocol [20]. In
addition, the physiotherapist guided the patients in using the
PAM and Atris app.

Personalized rehabilitation recommendations were provided at
discharge. If indicated by the physiotherapist, the patientswere
advised to continue physiotherapy in primary care after
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discharge. For this study, the patients were asked to wear the
PAM 24 hours a day for 6 weeks. A period of 6 weeks was
chosen as it was expected that patients would be able to gain
sufficient experience using the PAM and Atris app to assess
feasibility. A hospital physiotherapist provided insightsinto the
activity levels of the patient on the corresponding web
application and monitored the activity data of the patients
weekly. In case the activity levels decreased or no data were
available, the physiotherapist contacted the patient. In the case
of technical problems, the physiotherapist helped resolve them
if possible. In caseswhere patients had problemsresuming their
PA level by themselves, the physiotherapist advised them to
contact a physiotherapist in primary care. The patients also had
the opportunity to contact the physiotherapist themselves.

Outcome M easures

Study Procedures

Patients who were willing to participate (out of potentially
eligible patients invited to the study), those who ultimately
participated, and those who compl eted the study were recorded
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and described as percentages. Furthermore, the amount, type,
and reasons for missing PAM data were identified. For
exploration purposes, the PAM data were described as the
number of active minutes per day (24 hours) from 1 week before
surgery (baseline) to 6 weeks after surgery.

System Usability

System usability was assessed using the Dutch translation of
the System Usability Scale (SUS). The SUS contains 10
statements about efficiency, learnability, and satisfaction and
has been validated to assess the usability of electronic systems
[21]. Patients can indicate the degree of agreement with each
statement on a5-point Likert scale. Thetotal SUS scoreranges
from 0 to 100, with ascore of =70 considered good. The patients
received an email in April 2020 to complete the questionnaire
on a secured web-based system (Castor Electronic Data
Capture).

User Experiences

In addition to the SUS, the patients received 13 additional
guestions about the acceptability, satisfaction, and added value
of the PAM and Atris app that was experienced (see Multimedia
Appendix 1 for the questionnaire). In addition, the user

de Leeuwerk et al

experiences of the patients were assessed using semistructured
qualitativeinterviews (see M ultimedia Appendix 2 for thetopic
list). The responses to the SUS and additional questions were
used as supplemental topicsto the topic list. All patients were
asked if they werewilling to participatein theinterviews. There
were 2 groups, patients who did and patients who did not
experience additional value. Of both groups, 3 patients were
randomly selected for theinterview. Interviewswere conducted
by VvV and MEdL via telephone and recorded using a voice
recorder. Interviews were transcribed verbatim.

Descriptive Data

Demographic and clinical data were collected retrospectively
from electronic medical records.

Feasibility Criteria

To evaluate the feasibility of self-monitoring of PA using the

PAM and Atris app, we set feasibility criteriaapriori based on
cutoff points described in previous studies (Textbox 1) [21-25].

To better understand the feasibility, additional qualitative data
on acceptability, satisfaction, and experienced additional value
were collected to explore user experiences.

Textbox 1. Feasibility criteriabased on cutoff points described in previous studies.

Willingnessto participate

Participation rate

Retention rate

80% was considered feasible

Data collection

System usability

«  Percentage of invited, potentially eligible, patients who were willing to participate in the study; a percentage of >70% was considered feasible

«  Percentage of willing and eligible patients who intended to participate in the study; a percentage of >60% was considered feasible

«  Percentage of included patients who completed the study (ie, these patients did not explicitly indicate their decision to stop); a retention rate of

«  Percentage of missing Physical Activity Monitor data was determined to investigate whether physical activity data collection using the Physical
Activity Monitor was feasible; complete datain at least 70% of all participants were considered feasible

«  Measured with the System Usability Scale; a score of =70 was considered good

Data Analysis

SPSS (version 26; IBM Corp) was used for quantitative data
analysis. Study population characteristics were presented
descriptively as mean (SD), median (IQR), and percentage.
Quantitative data were analyzed descriptively. The study
procedures were presented as percentages. PAM data were
considered missing if they were not available for >3 daysin a
givenweek. Theavailable PAM dataare presented asthe median
(IQR) of the total active minutes per day of each week and as
a percentage of the preoperative PA basdline level. The mean
(SD) SUS was calculated using the method described in the
study by Brooke [21]. Additional questions about user
experience are presented as percentages.

The research software ATLASLI (version 8) was used for
qualitative analysis. Qualitative data analysis was performed
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following the steps of thematic analysisby 2 researchers (MvdL
and MB) [26]. The interviews were read several times to
familiarize with the data. Data were open coded line by line to
segment them into the initial codes. Axial coding was used to
definethe definitive codes. Definitive codeswere classified and
described under different themes [26].

Results

Overview

A total of 90 potentialy eligible patients were invited to
participate between April 2019 and April 2020, of whom 68
(76%) were willing to participate. After the final eligibility
check, of the 90 patients, 57 (63%) were included in the study,
resulting in a participation rate of 63%. The retention rate was
72% (41/57); 28% (16/57) of patients dropped out during the
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study, of whom 44% (7/16) were related to the intervention.
The reasons for nonparticipation, exclusion, and dropout are
presented in the flowchart (Figure 3). Ultimately, 41 patients
were included in the analysis. The median age of the patients
in this study was 68 (IQR 60-73) years, and 58% (25/41) were
male. The most common types of surgery were lobectomy
(23/41, 56%) and HIPEC (10/41, 24%). The median length of
hospital stay was 7 (IQR 6-11) days. Other relevant demographic
and clinical data are presented in Table 1.

Approximately, 31% of the PAM data were missing. Missing
value analysis suggested that the data were missing at random,

Figure 3. Flow of participants through the study. PA: physical activity.
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as missing data increased during the time blocks of the
postoperative phase. The amount of missing data increased
during the 6 postoperative weeks: 27% of the PAM data were
missing in the first postoperative week and 44% in the sixth
postoperative week. Figure 4 shows an overview of the reasons
for the missing data. The most common reasons for missing
data were technical problems or withdrawal of wearing the
PAM. Table 2 showsthe median preoperative and postoperative
PA levels in minutes per day and the median percentage of
recovery in PA compared with the preoperative levels.

/;articipanls with negative response for participation\
study n=22 of 90 (24%), with reasons:
- Mo affinity for technology n=4 {17%)
- Cosmetic aspects (red ankle strap) n=7 (32%)
- A stressful or busy period n=5 (23%)
- The patient has already insight in movement
behavior and has an activity tracker n=4 (17%),
- Mot interested in PA or feedback n=1 (5%)

- Hypersensitivity to straps n=1 (5%)

-

Excluded for eligibility n=11 {16%), with reasons:

/

- Dperation was scheduled in <7 days n=9 (82%)
- Type of operation does not meet inclusion
criteria n=2 (18%)

e

Dropouts after consideration n=16 of 57 (28%) of
which 7 (44%) related fo the intervention, Other
dropout reasons:

- Died after surgery n=2 (13%)

- Minor surgery performed n=4 (25%)

- Surgery was cancelled n=3 (19%)

N

~
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Table 1. Patient characteristics (N=41).
Variable Results

Patient characteristics

Sex (male), n (%) 25 (58)
Age (years), median (IQR) 68 (60-73)
BMI, mean (SD) 26.1(4.2)

Smoke status, n (%)

Current 5(12)
Past 24 (59)
Never 12 (29)

Primary diagnosis, n (%)

Rectum cancer 1(2)
Lung cancer 21 (51)
Esophagus cancer 8(20)
Peritonitis carcinomatosa 8(20)
Schwannoma 2(5)
Thymoma 1(2

Tumor stage, n (%)

1 7(17)
2 8(20)
3 6 (15)
4 18 (44)
Schwannoma 2(5)

Comor bidities (ASA? score), n (%)

Grade | 3(7)
Grade Il 27 (66)
Grade Il 10 (24)
Grade IV 1(2
Type of treatment before surgery, n (%)
Neoadjuvant chemotherapy 3()
Neoadjuvant chemoradiotherapy 9(22)
Neoadjuvant immunotherapy 1(2)
Neoadjuvant hormone therapy 1(2
Sports=1 time per week, n (%) 15(37)
Missing 1(2

Perioper ative char acteristics

Typeof surgery, n (%)

L obectomy 23 (56)
Esophagus resection 7(17)
HIPEC? procedure 10(24)
Schwannoma resection 1(2)

Surgical approach, n (%)
Video-assisted thoracic surgery 6 (15)
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Variable Results
Open surgery 35(85)
Type of treatment after surgery, n (%)
Adjuvant chemoradiotherapy 2(5)
Adjuvant chemotherapy 3(7)
Adjuvant radiotherapy 1(2
Adjuvant hormonotherapy 1(2)
Length of stay (days), median (IQR) 7 (6-11)
Complications (Clavien Dindo score), n (%)
Grade 26 (63)
Gradell 5(12)
Gradellla 2(5)
Gradelllb 5(12)
Grade IVa 3(7)
Hospital readmission, n (%) 5(12)
Duration of operation (minutes), median (IQR) 200 (128-336)

8ASA: American Society of Anesthesiologists.
bHIPEC: hyperthermic intraperitoneal chemotherapy.

Figure 4. Reasonsfor missing data. PAM: Physical Activity Monitor.
Reason unknown
The strap irritates
PAM lost
No sense of wearing the PAM
Empty battery
Forgot to upload data
Technical problems
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Table 2. Median PA? (minutes per week) and percentage of PA compared with preoperative levels of PA (N=41)b.

PA level Preoperative 1 week® 2 weeks 3 weeks 4 weeks 5 weeks 6 weeks
PA (minutes)
Values, median  172(114-213) 51 (26-82) 87 (54-1385) 96(68.5-171.5) 108(78.3-170.5) 118.5(80-196.5) 139 (81-184)
(IQR)
Vaues, n (%)  38(93) 30(73) 29 (71) 29(71) 28 (68) 28 (68) 27 (66)
PA compared with preoperative level of PA (%)
Values, median  pyad 29.4(17.9-474) 55.7(34.1-77.0) 65.0(44.9-843) 67.2(52.1-93.5) 78.0(49.6-101.9) 80.3(57.6-99.7)
(IQR)
Vaues, n (%)  N/A 29 (71) 27 (66) 26 (63) 25 (61) 25 (61) 25 (61)
3PA: physical activity.
bPA at baseline (preoperative; time point 0) and 1 to 6 weeks postoperative (time point 1 to time point 6).
CAfter surgery.
dN/A: not applicable.
Feasibility
Overview
The results of the feasibility criteriaare presented in Table 3.
Table 3. Summary of results of feasibility criteria.
Feasibility criteria Targets Results Conclusions
Study procedures
Willingnessto partic-  Percentage of willing patients ~ 76% of the invited patients were willing to participate Feasible
ipate >70%
Participation rate Participation rate >60% The participation rate was 63% Feasible
Retention rate A retention rate of >80% The number of dropouts during the study was 16; thisresulted in  Marginally feasible
aretention rate of 72%
Data collection Complete outcome data of PAZ Approximately 31% of the PA data were missing; the number of  Not feasible
inat least 70% of all participants COMPplete cases was 9, and 8 cases had <10% missing data
at follow-up
System usability
Efficiency suUSP score>70 Mean 79.6 (SD 24.2) Feasible
Learnability SUS score =70 Mean 74.0 (SD 27.5) Feasible
Satisfaction SUS score =70 Mean 75.0 (SD 25.2) Feasible
User experience
Study patients Qualitative dataabout acceptabil-  \\jegri ng the PAMC was acceptable, patients were largely positive Feasible

ity, satisfaction, and experienced
added value

about the PAM and Atris app, and most patients experienced an
added value; technical problems and the comfort of the ankle strap

need to be improved

3PA: physical activity.
bsus: System Usability Score.
°PAM: Physical Activity Monitor.

SUS and Additional Questions

Of the 41 patients, the SUS and additional questionnaireswere
sent to 39 (95%) patients (n=2, 5% of patients died before April
2020). The mean number of weeks between the end of the
self-monitoring period and receiving the questionnaire was 21.6
(SD 17.0). Approximately 85% (33/39) of patients responded
to the questionnaire, of whom 5% (2/39) did not complete the
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entire questionnaire. System usability wasfeasible, with amean
SUS score of 77.3 (SD 20.7). Of all responding patients, 75%
would recommend other patients to use the PAM and Atris app
after surgery. Most patients (84%) indicated that they wore the
PAM all day during the study period. The reasons for not
wearing the PAM were poor comfort with the ankle strap or
technical problems (eg, connection problems between the PAM
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and app). The other outcomes of the questionnaire are presented
in Multimedia Appendix 3.

I nterviews

Overview

Of the 39 patients, 8 (21%) patients did not respond to the
interview invitation, and 4 (10%) were unwilling to participate

Table 4. Characteristics of interviewed patients.

de Leeuwerk et al

in additional interviews. Of the remaining 27 patientswho were
willing to participate, 8 (30%) patients did not, and 19 (70%)
patients found that the use of the PAM and Atris app added
value. Approximately 15% (6/39) of patientswere selected. The
characteristics of the interviewed patients are shown in Table
4. The results are described by themes in the following
paragraphs and supported by quotes (Table 5). The codetreeis
shown in Figure 5.

Interviewee  Gender Age (years) Type of surgery AsA?  Length of hospital stay Missing data (%) sUS score

number (days)

1 Male 69 HIPEC® (open) 1 11 69.4 (reason unknown) 70

2 Female 61 L obectomy 2 3 63.3 (PAME logt) 90
(VATSY)

3 Male 66 L obectomy 2 11 0 85
(VATS)

4 Male 77 L obectomy 2 4 34 (connection lost between 97.5
(VATS) PAM and smartphone)

5 Male 56 Lobectomy (open) 2 7 34.7 (no connection between  67.5

PAM and smartphone)
6 Male 73 Lobectomy (open) 2 5 26.5 (low battery) 925

3ASA: American Society of Anesthesiologists.

bsus: System Usability Scale.
CHIPEC: hyperthermic intraperitoneal chemotherapy.

dVATS: video-assisted thoracic surgery.
®PAM: Physical Activity Monitor.
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Table 5. Quotations of interviewed participants.

Quotation Code Interviewed
participant number

User adherence

“By the way, that bracelet was awful. Especially the closure. You haveto invest abit ~ Comfort of the ankle strap 2
more in that. | don’t know much else to improve. It weights nothing. You even forget
it oncein awhile” (quote 1)

“Every morning and during the day | had to put the bracelet back on again, becauseit  Comfort of the ankle strap 6
would be loose for awhile, but that wasn't that bad...| don’t have any complaints about
it, that bracelet is a simple but good solution for wearing the sensor.” (quote 2)

“In the beginning | had some trouble with updating. The connection wasn’t always Technical problems 4
good. | have a certain brand of phone and apparently it doesn’t work as well as other

phones. Later | did anew update and then it worked better. | also had some contact with

the VUmc about this” (quote 3)

“It didn't work well at all times. Then | called for anew battery. Then it worked again.”  Technical problems 5
(quote 4)
“And again about the technical problems. That really frustrated me. | called withthe ~ Technical problems 5

VUmc for help. They could often improve it remotely and the new battery helped in
theend.” (quote 5)

“1 found the use of the app very friendly. Very easy, absolutely not unnecessarily com- Easy to use 2
plicated.” (quote 6)

“It was a new experience for me. But | had no problems at al with it. It all went well.” Easy to use 6
(quote 7)

“1 have not thought for amoment of not using it because of my privacy. Only my active No privacy concerns 6

minutes were registered and | did not see any reason not to useit.” (quote 8)
Experienced added value

“I thought it was a phenominal item...You keep track of your active minutesintheapp Providedinsightsintorecovery 2
during the day. | do not use cell phones very often, because | am 63 years old, but this
was avery nice challenge” (quote 9)

“1 found it a nice application, | watched it every day.” (quote 10) Provided insightsinto recovery 6

“It had really became part of my lifestyle. When | went to sleep | took it off and putit  Provided support 5
on the bedside table. Before | took a shower | put it 0, so every active minute would

count. | had the feeling that the health professionals from the Vumc did everything they

could, so | wanted to do that myself. This device helped me alot with that.” (quote 11)

“Well if we look at the operation, especially my recovery, thenit'svery importantto  Provided insightsintorecovery 3
methat | haveinsight in and influence on my recovery. That you are ableto seeif you're

making progress. When | just started | was 30 minutes active per day and at theend |

was 4 to 5 hours active. It is very nice and important to have that insight.” (quote 12)

“Well it worked really stimulating for me. Making movement goals gives directionin  Motivating effect 5
the rehabilitation proces. You can work towards that. It has really helped me and that's
why | would recommend it to others.” (quote 13)

“You feel more co-responsible. Well then it's nice that you can show you aredowing ~ Motivating effect 3
well and that you try your best.” (quote 14)

“It's an addition to you health and life. It makes rehabilitation alittle easier and more  Provided support 2
challenging. It focuses more on recovery than on your problems.” (quote 15)

“It'sal very frightening and scary. What is going to happen? Will | wake up after the  Provided support 5
operation? Can | still do the same as| did? There isalot going through you head and

it's pretty scary, to be honest. At that moment, health profesionnals and such amotion

sensor around you ankle helps enormously. You get feedback and it givesyou something

to hold on to.” (quote 16)

“I think it isavery good remedy. Only for myself it had not been necessary. For someone  Suitability 4
who has more difficulty with being active thisis acompletely different story. Then it

can be avery nice support. If | speak for myself, it was just that | was curious about

how much | walked that day.” (quote 17)

“1 already moved alot: | go to the gym twice aweek and | alsowalk alot and cyclea  Suitability 6
bit. Therefore, the PAM wasn't the reason | started being more active. But it was nice
to see how active | was during the day.” (quote 18)
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Quotation

Interviewed
participant number

Code

Requirements

“1 would liketo get asignal if | don’t show good or abnormal activity behavior. Starting
aconversation. That's also possible by telephone. | don’t necessarily have to come to
the VUmc more often. But such a conversation would be very nice” (quote 19)

“A sort of alarm or stimulating message. | think that also helpsin creating awareness.
People need to become aware of their activity behavior. A message when things are not
going that well can help with that. It triggers you to think about it.” (quote 20)

“1 would like to get some more information as well. So besides the activity data. For
example, about the heartrate and blood pressure. But anyway, it might also be difficult
to integrate that into one application.” (quote 21)

“Activity data should be more clearly displayed. Now you have agraph, but the activity
datais only presented per day. You actually want to be able to see data and differences
during the day. For example my differencein activity between an evening shift and day

Need for more support 1

Need for more support 2

Additional needs 4

Additional needs 5

shift at work. | would have found that interesting to be able to see.” (quote 22)

“1 think it might work better if the goals are better tailored to the person.” (quote 22)

Additional needs 5

Figure5. Codetree.

Comfort of the ankle Easy to use
strap
Technical problems User
adherence

Suitability

Provided insight
into recovery

Motivating effect

User Adherence

Topics that may have had a negative impact on user adherence
included problems experienced with the ankle straps and
technical problems. All the interviewed patients experienced
problems with the closure of the strap. They mentioned
occasional loosening of the strap, asthe closure did not function
properly (quote 1; Table 5). Despite this problem, wearing the
bracel et was an obstacle for none of the patients (quote 2; Table
5). Intotal, 67% (4/6) of patients mentioned technical problems;
sometimes the connection between the sensor and the app did
not work, disabling the update of the activity data (quote 3;
Table 5). Of these 4 patients, 2 (50%) received anew sensor as
the battery was depleted prematurely (quote 4; Table 5). One
of the participants mentioned that the technical problemswere
frustrating (quote 5; Table 5).
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Topics that may have had a positive effect on user adherence
were ease of use of the Atris app (quotes 6 and 7; Table 5) and
absence of privacy concerns (quote 8; Table 5).

Experienced Added Value

Most of the interviewed patients were positive about the use of
the PAM and Atris app (quotes 9 and 10; Table 5). One of the
participants mentioned that the use of the PAM had become a
part of hislifestyle (quote 11; Table 5). All patients experienced
having moreinsight into their recovery with the use of the PAM

and Atris app as they were able to see if they were making
progress (quote 12; Table 5). In addition, they mentioned that
the PAM and Atris app had a motivating effect. They stimulated
them to be more physically active asthey were ableto set goals
and they felt more coresponsible for their recovery (quotes 13
and 14; Table 5). Moreover, patients experienced the PAM and
Atris app as support during their recovery process. They
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mentioned that they provided more focus on recovery and
provided something to hold on to (quotes 15 and 16; Table 5).

Approximately 33% (2/6) of patients did not experience
additional values but were positive about the concept. They
mentioned that they were already motivated to be physically
active regardless of the PAM. They thought it would be more
suitable for patients who needed more motivation to be
physically active (quotes 17 and 18; Table 5).

Requirements

Overall, 67% (4/6) of patients highlighted the need for more
support. They mentioned that it would be of additional valueif
they received messages or calls in situations of insufficient or
abnormal activity behavior (quote 19; Table 5). Moreover, 33%
(2/6) of patients also mentioned that motivational messages
might serve as additional incentives (quote 20, Table 5).
Additional requirements mentioned by 4 patients were the
possibility to add additional measurements of data, such as heart
rate or blood pressure (quote 21; Table 5). In addition, 33%
(2/6) of patients wanted to gain more insight into the activity
pattern during the day (quote 22; Table 5); 33% (2/6) of patients
highlighted the need for more personalization (quote 23; Table
5).

Discussion

Principal Findings

Self-monitoring of PA after discharge appears to be feasible
based on good system usability and predominantly positive user
experiencesin patientswith cancer after |obectomy, esophageal
resection, or HIPEC. These findings are consistent with those
of other studies[15-17,22]. Wu et al [15] found good feasibility
of self-monitoring using awrist-worn accelerometer and an app
in patients after gastric cancer surgery. Low et a [17] reported
good usability of areal-time mobile technol ogy—based sedentary
behavior intervention for patients with abdominal cancer inthe
perioperative period using a smartwatch. However, feasibility
was considered moderate in that study as adherence to wearing
the smartwatch decreased significantly from before to after the
surgery. In our study, adherence al so seemed to decrease based
on an increase in missing data during the intervention period.
Solving technical problems and improving the comfort of the
ankle strap may reduce the number of dropouts and missing
datain clinical use and follow-up studies. In addition, improving
self-efficacy and self-motivation and engaging in more social
support could enhance user adherence, as suggested in a
systematic review of predictors of adherence in home-based
physical rehabilitation [27].

The system usability of the PAM and Atrisapp issimilar to that
of devices used in other studies [17,25]. Jonker et a [25]
reported good system usability (mean SUS 73.1) for a
wrist-worn activity tracker and mobile app in older adult patients
after oncological surgery. In a study by Low et a [17], the
system usability of a Fitbit smartwatch with an accompanying
smartphone app during the perioperative period in patients
scheduled for abdominal cancer surgery was also found to be
good (mean SUS 83.8). The qualitative data, in addition to the
guantitative data, provided insights into the facilitators of and
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barriers to the use of the Atris app and PAM. The user
experiences were largely positive. The interviewed patients
mentioned that the PAM and Atris app were easy to use,
motivated them to be more physically active, and provided
support after discharge. However, most of the patients
recommended the design of a more comfortable ankle strap,
and some were annoyed about technical problems. Only afew
patients did not experience the added value of the PAM and
Atris app as, in their opinion, they were already sufficiently
active and, therefore, did not feel the need for additional support.
In contrast, some other patients indicated the need for more
support, such as through occasional telephone contact with a
physiotherapist or motivational messages. Therefore, the
tailoring of interventions to individual needs and preferences
should be considered.

In this study, we explored the course of recovery in PA in the
first 6 weeks after surgery. These results may be supportivein
clinical practice to gain more objective insights into patient
recovery and identify which patients may need more support
inimproving their PA levels. We found that most (19/25, 76%)
of our study population did not return to baseline PA levels 6
weeks after surgery, athough these results should be interpreted
with caution, given the relatively large amount of missing PA
data. In previous observational pilot studies using objective PA
data after (cancer) surgery, most patients did not reach
preoperative PA levels even at 3 months after surgery [28,29].
Similarly, astudy using questionnairesto investigate the course
of recovery in physical functioning 6 and 12 weeks after lung
cancer surgery showed that patients were still recovering
between 6 and 12 weeks after surgery [4]. The patients in our
study underwent major surgeries, including HIPEC and major
lung resections. These procedures are both associated with
prolonged functional recovery compared with less invasive
procedures such as minimally invasive segmental colectomies
or video-assisted small lung resections. Therefore, it is suggested
that for most of these patients, the period of supportive care to
improve PA should be >6 weeks after surgery. However, to
increase user adherence for longer-term use, the previously
mentioned improvements to the ankle bracelet and resolution
of technical problems are necessary. In addition, to better
understand all dimensions of user adherence, an in-depth
analysis of adherence to ambulant monitoring in this patient
population should be performed, taking into account the 5
dimensions of adherence as described by the World Health
Organization [30].

By conducting thisfeasibility study, barriers and enablers were
identified for the use of the PAM and Atris app after hospital
discharge in patients after cancer surgery. However, proper
technical functioning and comfort in wearing are important
prerequisites for all activity trackers. Moreover, the enablers
found in our study, for example, that it motivates patientsto be
more physically active and that it provides more insight into
PA recovery, are also generalizable to other activity trackers.
The cost-effectiveness and effectiveness of interventions using
PA self-monitoring during cancer treatment islargely unknown,
and the conduct of randomized clinical trialsiswarranted [31].
In addition, not all patients seem to require the same amount of
postoperative support. Further research should take into account
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therisk of functional decline after surgery, aswell asthe needs
and preferences of individual patients.

Limitations

Thisstudy had somelimitations. First, thisfeasibility study was
conducted in a single hospital setting. In addition, not all
diagnoses within gastrointestinal and lung cancer surgery were
represented in our study population as preoperative
physiotherapy screening was not part of the care pathway for
all patients in our hospital. Therefore, the results of this study
cannot be generalized to other diagnoses. Second, all patients
were contacted to ask whether they were willing to participate
in an interview after PA data collection had already ended.
However, some patients did not respond or were unwilling to
participateintheinterviews. Thiscould have caused aselection
bias. To reduce selection bias among the patients interviewed,
they were selected based on whether they perceived the PAM
and Atris app as adding value. However, the selected
interviewees had a somewhat higher mean SUS score than that
of the entire study population (83.8 vs 77.3). Thus, thisapproach
probably did not sufficiently eliminate the selection bias. To
gain a full understanding of feasihility, future studies should
alsointerview nonparticipants. In addition, data saturation may
not have been achieved as the interviews were conducted in a
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small and partly selective sample. Third, for some patients, there
was a period of several months between the end of the
self-monitoring period and the compl etion of the questionnaires
(and interviews), which may have led to recall bias. Finally, as
the study was conducted in the usual care setting, the
perioperative instructions from the physiotherapist were not
gtrictly followed as per protocol, which hindered reproducibility.
Our research group is currently working on a protocol to guide
physiotherapistsin using this intervention.

Conclusions

The results of our study showed good system usability and
predominantly positive user experiencesin patientswith cancer
after lobectomy, esophageal resection, or HIPEC. Most patients
mentioned that the PAM and Atris app motivated them to be
more physically active after discharge. The retention rate and
amount of missing data need to be improved in follow-up
studies. Solving technical problemsand improving the comfort
of ankle straps may enhance user adherence, thereby reducing
the number of dropouts and missing data. Randomized clinical
trials should be conducted to investigate whether interventions
using accelerometers indeed improve the recovery of PA and
physical functioning after surgery in this population.
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Abstract

Background: Online health communities (OHCs) provide patients and survivors of ovarian cancer (OvCa) and their caregivers
with help beyond traditional support channels, such as health care providers and clinicians. OvCa OHCs promote connections
and exchanges of information among userswith similar experiences. Users often exchange information, which leadsto the sharing
of resources in the form of web links. Although OHCs are important platforms for health management, concerns exist regarding
the quality and relevance of shared resources. Previous studies have examined different aspects of resource-sharing behaviors,
such as the purpose of sharing, the type of shared resources, and peer user reactions to shared resources in OHCs to evaluate
resource exchange scenarios. However, thereisapaucity of research examining whether resource-sharing behaviors can ultimately
determine the relevance of shared resources.

Objective: This study aimed to examine the association between OHC resource-sharing behaviors and the relevance of shared
resources. We analyzed three aspects of resource-sharing behaviors: types of shared resources, purposes of sharing resources,
and OHC users' reactions to shared resources.

Methods: Using aretrospective design, data were extracted from the National Ovarian Cancer Coalition discussion forum. The
relevance of aresource was classified into three levels; relevant, partialy relevant, and not relevant. Resource-sharing behaviors
wereidentified through manual content analysis. A significancetest was performed to determine the associati on between resource
relevance and resource-sharing behaviors.

Results: Approximately 48.3% (85/176) of the shared resources were identified asrelevant, 29.5% (52/176) as partially relevant,
and 22.2% (39/176) asirrelevant. The study established a significant association between the types of shared resources (x218=33.2;

P<.001) and resource rel evance (through chi-square tests of independence). Among thetypes of shared resources, health consumer
materials such as health news (P<.001) and health organizations (P=.02) exhibited significantly more relevant resources. Patient
educational materials (P<.001) and patient-generated resources (P=.01) were more significantly associated with partially relevant
and irrelevant resources, respectively. Expert health materias, including academic literature, were only shared a few times but
had significantly (P<.001) more relevant resources. A significant association (x2,=22.9; P<.001) was also established between
the purpose of resource sharing and overall resource relevance. Resources shared with the purpose of providing additional readings
(P=.01) and pointing to resources (P=.03) had significantly more relevant resources, whereas subjects for discussion and staying
connected did not include any relevant shared resources.
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Conclusions:

Thaker et al

The associations found between resource-sharing behaviors and the relevance of these resources can help in

collecting relevant resources, along with the corresponding information needs from OvCa OHCs, on a large scale through
automation. The results from this study can be leveraged to prioritize the resources required by survivors of OvCa and their
caregivers, aswell as to automate the search for relevant shared resourcesin OvCa OHCs.

(JMIR Cancer 2022;8(2):e33110) doi:10.2196/33110
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modeling

Introduction

Background and Motivation

Ovarian cancer (OvCa) affects approximately 22,000 women
per year in the United States [1-3] with a 70% recurrence rate
[4]. Survivors of OvCa are individuals diagnosed with cancer
irrespective of their state of disease [5]. They typically receive
intensive oncological treatment, which has adverse effects on
their quality of life [6-10]. Both survivors of OvCa and their
caregivers require support and have various information needs
throughout the course of OvCa[11,12]. Health care providers
try to address their common information needs through
standardized patient and caregiver educational materials;
however, these materials may lack information to address both
survivors and their caregivers’ unique and dynamic information
needs[13,14].

To meet their unique information needs, a growing number of
survivors of OvCa and their caregivers generally seek support
from online health communities (OHCs) on a regular basis.
OHCs enable these individuals to connect and exchange
information with other individuals with similar experiences
[15-18]. OHCs specific to gynecological cancer also provide a
platform where women with OvCa can freely share their
experiences and feel a strong sense of belonging [19]. Owing
totheir powerful communal nature, OHCs could offer survivors
of OvCa and their caregivers an opportunity to exchange
information individualized to their needs. This exchange of
information often leads to resource sharing among usersin the
form of web links [17,18]. The resources shared among OHC
users can serve as educational materialsthat addresstheir unique
information needs. These shared resources can potentially
benefit survivors and caregivers by helping them acquire
knowledge about different aspects of the disease, including but
not limited to treatment, diagnosis, and disease management.

Despite the benefits of shared resources, some important
guestions arise, given that OHC users are health consumersand
might not be health experts: which resources shared by the OHC
peersare relevant to the information needs of survivors of OvCa
and their caregivers, and what aspects of resource sharing can
help us determine resource relevance? Previous research
examined health literacy in OHCs and reveal ed that most of the
content is generated by users with underdeveloped skills in
validating information sources and navigating theinternet [20].
Therefore, users need help in finding the relevant resources
generated or shared in OHCs [21]. Motivated by this, the
objective of this study is to examine the connections between
users' resource-sharing behaviors and the relevance of shared

https://cancer.jmir.org/2022/2/€33110

resources. The outcomes can help future research locate rel evant
resourcesthat are helpful in educating survivors and caregivers
on OvCaOHCs. Thisstudy is part of an ongoing project, Health
e-Librarian with Personalized Recommender (HEL PeR), which
aimsto recommend personalized, relevant information resources
to survivors of OvCa and their caregivers (HELPeR study
1R01LMO013038-01A1). The ultimate goal of HELPeR is to
improve the quality of user-focused recommendations in all
aspects of OvCacare.

Most previous studies examined resource sharing in OHCs
[22,23], dthough little attention has been paid to understanding
if these resources are relevant to user information needs. Few
studies have examined the quality and relevance of
user-generated data on OHCs [24-27]; however, these studies
are based on the content of the user post and do not addressthe
quality of shared resources. Thisstudy fillsthisgap by exploring
the relevance of the shared resources. This study extends
previous studies by determining the relevance of shared
resources and post content. Examining the rel evance of resources
will reveal what resources can help fulfill theinformation needs
of survivors of OvCa and caregivers. Resource relevance has
multiple dimensions, including topical relevance, readability,
trustworthiness, timeliness, and clinical validity [28,29]. This
paper considers topical relevance, which defines whether the
content addresses the information needed [28]. A resource is
relevant if its content addresses the information needed by the
user; otherwise, the resource is irrelevant. In the rest of the
paper, the words relevance and topical relevance are used
interchangeably.

User behavior has been substantially explored in the context of
search engines and recommender systems[30-33]. For example,
users seeking behaviors are examined to improve search quality
by determining the relevance of a search result against users
information needs [30,31,34]. User behavior can help provide
2 types of user feedback. Explicit feedback is where users
themselves provide feedback about the relevance of an item
(eg, liking asearch result). On the other hand, implicit feedback
is obtained without user intervention (eg, by tracking the dwell
time on a search result page). Recently, user behavior has also
been used in web-based community research [24,35]. Wanas et
al [24] used web-based community—specific user behaviors,
including the presence of quotationsin apost (implicit) and the
number of repliesto apost (implicit), along with other features
to train a post quality scoring algorithm. Explicit feedback,
including post likes [35], and implicit feedback, including
participant reputation [36], were also used to determine the
relevant posts in a thread in a social media forum. Differing
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from previous studies, this study explores resource-sharing
behaviors pertaining to OHC usersto determine shared resource
relevance. In OHCs, resource-sharing behaviors are examined
to determine how OHC members engage with shared resources
[22,23]. Zhang and Sun [22] examined the purpose of resource
sharing in aweb-based diabetesforum to reveal the support that
shared resources provide. Nathan et al [23] studied the types of
resources shared in an OHC and OHC users’ like reaction on
WebMD threads [37] to reveal the types of resources trusted
by OHC users. Although resource-sharing behaviors have been
studied in OHCs, there is no study on whether these
resource-sharing behaviors can determine the relevance of
shared resources. Given the dearth of research in this area, the
purpose of thisstudy isto examine (1) the relevance of resource
sharing on an OvCa OHC and (2) users resource-sharing
behaviors associated with shared resource relevancein an OvCa
OHC. Examining both resource relevance and resource-sharing
behaviors provides insights into which user behaviors are
associated with relevant and irrelevant resources.

Objectives

Figure 1 provides the overall description of our study design.
This study was a descriptive analysis of the OvCa OHC threads.

Thaker et al

Three aspects of resource-sharing behaviors were considered:
type of resource shared, purposes of sharing a resource, and
OHC users' like reactions to the resource shared. Types of
shared resources and the purpose of sharing resources provide
implicit user feedback, as they do not explicitly reveal users
interests or likes on aresource. An OHC user’s like reaction on
the shared resource provides explicit user feedback, where the
user explicitly revealstheir interest in the shared resource. This
study investigates the following three research questions (RQSs)
to explore resource relevance along with resource-sharing
behaviors:

« RQL: what istherelationship between the type of resources
shared and the relevance of these resources in an OvCa
OHC?

«  RQ2: what is the relationship between the purpose of
sharing resources and the relevance of these resources in
an OvCa OHC?

« RQ3: what istherelationship between OHC users’ reactions
to comments on the shared link and the relevance of these
resourcesin an OvCa OHC?

Figure 1. Workflow of the study. NOCC: National Ovarian Cancer Coalition.

Threads with question asked in
initial post and linked shared in
corresponding posts

Methods

The study was performed on the National Ovarian Cancer
Coaadlition (NOCC) forum. To address the RQs, we first
determined the relevance of the shared resources and later used
different resource-sharing behaviorsto calculate their association
with relevance using a chi-square test.

Data Source and Collection

For OvCa OHC data, we relied on NOCC [38]. NOCC is a
subcommunity of the Cancer Connect Community [39], which
bringstogether survivors of OvCaand caregivers. NOCC users
start threadsin seeking information, receiving asecond opinion,

https://cancer.jmir.org/2022/2/€33110
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sharing experience, and receiving emotional support, whereas
other participants provide support by replying to these threads
in the form of comments. Forum users also express gratitude
toward posts and comments using the like button. The NOCC
is a patient-oriented community in which moderators are also
survivors of OvCaor caregivers. We selected the NOCC because
of itstwo unique properties:

1 Itis an OvCaspecific community, which is a rare cancer
with less exposure or awareness among general survivors
of cancer and caregivers.

2. QvCa is a women-only cancer; therefore, the platform
allows for the free exchange of information and resources
with other individual swith similar experiences, where OHC
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users have devel oped a sense of community and connection
[19].

NOCC is not a public community; therefore, we obtained
permission from the ingtitutional review board to collect and
analyze the forum content. We collected data available from
June 2010 to December 2020. Each thread comprises an initial
post and replies to comments. For each thread, the following
information was recorded: the title of the thread, initial post
content, poster’s name, all comments on the post, comment

Thaker et al

users names, number of likes on comments, number of likes
on posts, userswho liked, time of posts, and time of comments.
Figure 2 shows an example of a NOCC thread and its different
components. The actual content of the post was removed to
better show the basic structure of the thread and ensure patient
privacy. Each thread isinitiated by aNOCC user, whichincludes
the title of the thread and an initial post. The initial post is
followed by comments and replies from the forum users.
Comments or reply posts are where the resources are shared in
response to the information needed in the initial post.

Figure2. A typica National Ovarian Cancer Coalition thread component, which includes the thread poster, title of thread, initial post, reply posts, and
like button. The actual content of the thread was removed for privacy of National Ovarian Cancer Coalition users. The purpose of thisfigureisto provide

readers with a basic understanding of communication patterns on this forum.

P
MJOCC

[Title of thread

&)

user

The data for analysis were deidentified to remove participant
information from the initial posts and all comments. From the
909 threads, we selected 105 (11.6%) threads for this study, as
explained below:

1. Firgt, we filtered posts containing advertisements from
health organizations. These threadsincluded advertisements
such as survey enrollment, product advertisements, and
monthly updates from the NOCC moderator.

2. Then, of the 909 threads, 495 (54.5%) threads were selected
inwhichtheinitial post contained aquestion. For simplicity,
in the following sections, we would refer to this data set of
105 threads as NOCC question threads.

3. From the 495 selected threads, we further examined 105
(21.2%) threads where users shared resources (URLS) in
their reply comments.

4. Links were extracted from 105 threads using regular
expressions [23]. We found 176 links shared among these
105 threads.

https://cancer.jmir.org/2022/2/€33110
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5. For our final data set, we assembled 176 post—comment
pairs, where each post had a question, and each comment
contained a shared link. Thereafter, we will call this data
set with 176 post—comment pairsthe NOCC shared resource
(NOCC-RS) data set.

Manual content analysis was performed on NOCC-RS to
annotate relevance, types of resources, and purpose of sharing
resources (Figure 1). Each annotation procedure was performed
separately to ensure that one annotation did not influence the
other. To report the quality of each annotation, we calculated
the interrater reliability score using Cohen Kk [40]. Cohen k
(equation 1) is a widely accepted measure for ensuring the
quality of annotator agreement and is more robust than
calculating percentage agreement [40]. A percentage agreement
of 20.85 [41] and a Cohen Kk coefficient of =0.5 [42] are
acceptable quality for annotations. As aresult, an acceptable K
measure was obtained:
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Here, o, is the probability of an item receiving the same code
from both annotators, and .. is the probability of agreement
occurring by chance. N is the total number of items for
annotation, and n;; is the number of times an annotator i
predicted label .

All annotators met every week to decide the coding schemafor
each annotation, discuss disagreements on overlapping samples,
and calculate the k score. In the following sections, each
annotation processis discussed in detail, along with the coding
schema.

Resour ce Relevance Annotation

To assess the relevance of each resource shared for the
corresponding information needed (ie, the question in theinitial

Thaker et al

post), we developed a coding scheme that classified the
resourcesinto three categories: relevant, partially relevant, and
irrelevant. For each resource, annotators, VH and YC, first
checked the initial post that contained the question and then
read the comment post that contained the link. Relevance was
judged based on the topical relevance between the link and the
question asked in the corresponding thread. The study engaged
two domain experts to accomplish this task: VH was a nurse,
and Y C was aresearcher focused on the needs of survivors of
OvCa and caregivers. Initially, the annotators started with a
binary coding scheme: relevant and irrelevant. Later, after
discussion among annotators, they found that there were many
resources that did not provide the original information needed
by the user but were still helpful to the user. Thus, athough
partially relevant resources did not answer the question, they
were either usable for users, given their information needs, or
helpful to the user to reach the relevant resource. This resulted
in the 3 categories described in Textbox 1. Textbox 2 provides
examples of all 3 categories from the NOCC forum post. The
interrater agreement between the 2 annotatorsis Cohen k=0.65,
calculated on 39.8% (70/176) data overlap, with a substantial
agreement of 81%.

Textbox 1. The classification scheme for resource relevancy with description and corresponding example.

o Irrelevant

o Partidly relevant

« Redevant

guestion.

Code and description (all relevance annotations wer e based on topical relevance)

«  Theinformation provided through the resource does not address the corresponding question asked.

«  Theinformation provided through the resource does not provide a direct answer to the corresponding question but can either provide some
related information to find relevant information or is useful to the user.

« Theinformation provided through the resource directly addresses the corresponding question and provides an answer to the corresponding

Textbox 2. Example posts (some information is removed for anonymization).

Initial post with a question

. “l wasdiagnosed with ovarian stage 3c—background information—My doctor wants to add Avastin to my next 3 rounds of chemo. | am worried
about adding it because of al the side effects | aready had areaction to the carbo once and that was very bad. Do you know anything about the
side effects of Avastin?’

Relevance and commentswith a shared resource

» Relevant resource: “Avastin definitely plays a major role in both treatment and maintenance therapy for a number of cancers. About Avastin;
news.cancerconnect.com/treatment-care/answers-to-fag-s-about-avastin/”

«  Partialy relevant resource: “Hi XXX, treatment decision-making can be so difficult. Good for you for looking at all your options. Have you had
a second opinion at another large cancer center? Asking your doctors about the risks and benefits of each treatment option is important. The
NCCN patient guidelines for ovarian cancer might also be a helpful resource for you (www.nccn.org/patients/guidelines/ovarian/index.html).
Hope this helps and keep us posted!”

« lrrelevant: “If you want to discuss this more and want to connect, please connect to my blog: http://xxx.blogspot.com”

the links. For domain name-based categorization, we relied on
the top-level domain (TLD) of the URL, as in the study by
Nathan et a [23]. Domain names are designed to represent
websites distributed among various hosts and network systems,

Resource Type Annotation

To answer RQ1, the shared resources were categorized. Each
resource was categorized based on the domain and content of
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with a string of characters usually separated by dots as their
structure. The TLD is the last part of the domain name of US
websites. If adomain nameis outside the United States, itsTLD
is the second to last part of the URL. From the TLD, one can
determinethe entity, administrator, and intended use of awebsite
[43]. For example, the TLD of nchi.nim.nih.gov is .gov,
indicating that the website belongs to a governmental entity,
and that of ovarian.org is .org, indicating that it is an
organization website. This study adopted 6 TLDs, including
.com, .edu, .org, .net, .io, and .gov.

To move beyond simple domain name-based analysis, we
manually examined each link and classified the shared resources
into content-focused categories. Initially, two coders (KT and

Thaker et al

YC) separately coded the links using the coding scheme
mentioned in [44], which is specificaly used for the
classification of health domain webpages during the consumer
search process. During the subsequent debriefing, the discussion
among coders about disagreements led to the refinement of the
original  categories. Two new  categories  were
introduced—nonhealth articles and patient educational
resources—which were missing from the previous study. Table
1 provides the final 10 types used to classify resources. It is
assumed that the links belonging to each category have similar
types of content and are for similar consumers. The
interannotator agreement between 2 annotators was Cohen
k=0.8, calculated on 19.3% (34/176) data overlap.

Table 1. Coding scheme for resource types with description and corresponding example.

Code Description Example domains

Hedlth articles A link containing focused information about one specific health topic with content «  Cancer.net [45]
written for health consumers in mind; this could include health articles, health expert Med-Health.com [46]
blogs, and health topic information websites

Health news A webpage presenting health news; this could include news about findingsin research, CancerConnectNews [39]

Patient educational re-
source

Academic literature

treatment results, and updates on medications and clinical trials

Resources provided by government and cancer organizations, including patient guide-
lines, factsheets, and patient booklets

Research articles and clinical trial articles

Medicalexpress [47]

Cancer.gov [48]
NCCN.org [49]

NCBI.gov [50]
Eurekalert.org [51]

NOCC.ovarian.org [52]
CSN.Cancer.org [53]
Facebook [54]

Ovarian.org [38]
Dana-Farber.org [55]

xxx.blogspot.com

Omiana [56]

Web-based socia A link containing user discussions and posts on web-based communities, question an-

groups swering forums, and social networking sites

Health organizations A link referring to the home page of a health organization, medical school, nonprofit
institute, or government website

Patient blogs Patient- or caregiver-generated personal websites and blogs

e-Commerce Online shopping sites and product promotion/advertisement web pages

Videos Links to video content

Nonhealth articles Shared content outside of the health domain

«  100percentpure [57]
«  YouTube [58]

o Lawfirm[59]
«  Wikipedia[60]

Resour ce Purpose Annotation

The purpose of alink refersto therole the link servesin a post
[22]. Zhang et al [22] unveiled the relationship between thetype
of forum user (frequent vs occasional contributors) and the
purpose of their link-sharing behavior. The coders started with
the coding schema of Zhang et a [22], which defined six roles
of links shared intheinitial posts: providing additional reading,
supporting arguments, subjectsfor discussion, recommendations
for peers, the source of a post, and asking for help. As coding
proceeded, we removed two categories that we considered
inapplicable to the link-sharing purpose in the comments
(recommendation for peers and asking for help), and we added
two new categories: pointing to resources and staying connected.

https://cancer.jmir.org/2022/2/€33110

The coding scheme includes providing additional readings,
supporting arguments, subjects for discussion, pointing to
resources, and staying connected. Table 2 presents the final
definition of each purpose and an example comment with a
URL link.

Resource purpose annotation was performed independently of
resource relevance annotation and only by reading the comment
and ignoring the initia post. Two coders independently
annotated the role of the shared link with a 34.1% (60/176)
overlap of comments between them. The final agreement after
the second round of annotation was 93%, with Cohen k=0.88,
which indicates a substantial agreement. After addressing all
the disagreements between the 2 coders, KT proceeded to code
all the remaining comments.
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Table 2. Coding scheme for link-sharing purposes with description and corresponding example.

Code

Description

Example (anonymized or rephrased)

Providing additional
readings

Pointing to resources

Supporting argument

Staying connected

Subject for discussion

The information provided through the
link provides reading materials to an-
swer the corresponding questions.

Theinformation provided through the
link does not provide a direct answer
to the corresponding question but can
provide some related information to
search for relevant information or is
useful to the user; for example, link to
generic OvCainformation, OvCare-
source listing, and clinical trial search
engine.

The information provided in the com-
ment directly addressesthe users’ infor-
mation needs, whereas the link acts as
evidenceto support the facts mentioned
in the comment.

Thelink is provided for the advertise-
ment of apersonal blog, providing an
email address, or connecting to an ex-
isting ovarian group.

“Thelink content is the topic that the

“Olaparib isa PARP inhibitor. Are you platinum-sensitive and do you have a
BRCA mutation? If you do olaparib works well. Here isagreat article

www.targetedonc.com/publications/targeted-therapi es-cancer/2017/2017-au-
gust/the-current-status-of -parp-inhibitors-in-ovarian-cancer”
“*SO0000000000O00 much interesting data in here—stuff we will benefit
from! Yeehaw!

news.mit.edu/search?keyword=Koch+Cancer+Center”

“Yes, the PARP drugs seem to show promise with platinum resistance as well.
news.cancerconnect.com/zej ul a-in-combination-with-keytruda-appears-promising-
in-patients-with-platinum-resi stant-refractory-ovarian-cancer/

Best

XXX

“It is good to hear about another MMMT survivor. There seem to be so few of
us because it is such an aggressive cancer cell. If you would like to connect with

me more, | am at XXX @gmail.com (persona email), or XXXblogspot.com
(personal blog).

XXX, thank you for your kind wishes.”
“What do you know about CART- T Immunotherapy?

replier wants to discuss.”

cancerresearch.org/immunotherapy/cancer-types/ovarian-cancer”

User Reaction to Shared Resources

OHC websites usually provide ways for users to provide
feedback (liking, disliking, and helpfulness) on posts and
comments. NOCC offersits users alike button that can be used
to display gratitude and other positive feelings about a post or
comment. In modern recommender systems, signs of user
appreciation such as thumbs-up and likes are signs of item
relevance for the user and form the main source of knowledge
for recommendations [32]. The motivation for RQ3 was to
reassess this assumption in the context of an OHC and determine
whether like reactions of OHC users on commentsthat contained
shared resources could be used as a sign of relevance to
cross-recommend liked resources and to serve asagold standard
for resourcerelevance studies. Thelike reactionswere explored
in two ways: firgt, like reaction from the user who asked the
guestion in the initial post and second, like reactions from all
peerson NOCC. Our hypothesisisthat asthe resourceisshared
for the information needed from the thread initiator, the like
from this user might be a good indicator of the relevance of a
resource.

Ethical Approval

NOCC is not a public community; therefore, we obtained
permission from the ingtitutional review board to collect and
analyze the forum content. Ethical approval for the study was
granted in June 2021 by the Ingtitutional Review Board of
University of Pittsburgh (STUDY 21050190). The institutional
review board determined that the proposed activity is not
research involving human subjects as defined by Department
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of Headth and Human Services and Food and Drug
Administration regulations.

Results

Overview

We obtained all threads from a period of 10 years from the
NOCC, which is a well-known site for patients with OvCa.
OvCaiis arare cancer; therefore, the NOCC had 909 threads
from aperiod of 10 years of data collection. Furthermore, from
the 909 threads, we obtained 105 (11.6%) threads with an
information need (NOCC question threads), where 176 links
were shared in the comments. These 176 shared links, along
with the initial posts and comments with links, formed our
NOCC-RS data set.

In the following sections, first, the statistics on resource
relevance are presented, followed by a discussion of the
association between resource relevance and resource-sharing
behaviors.

Resour ce Relevance

There were 85 relevant, 52 partially relevant, and 39 irrelevant
resources. The relevance distribution indicates that 48.3%
(85/176) of al shared links lead to resources that are relevant
to the needs expressed in the original post. Furthermore, we
observed that out of 105 threads, only 53 (50.5%) were answered
by sharing at least one relevant resource. Of the remaining 52
posts, 48 (92%) obtained no relevant resources but =1 partially
relevant resource. Finally, 3.8% (4/105) of postsdid not receive
any relevant or partially relevant resources in response.

JMIR Cancer 2022 | vol. 8| iss. 2 [€33110 | p.113
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

Resource Type

Resource Type Based on TLD

The most frequent TLD was .com, which covers 56.3% (51/176)
of al shared resources (eg, cancerconnect.com, youtube.com,
and xxx.blogspot.com), followed by .org (eg, nccn.org,
ovarian.org, and dana-farber.org), .gov (eg, cancer.gov,
nchi.nim.nih.gov, and nccih.nih.gov), .edu (eg, harvard.edu,
mit.edu, and vcu.edu), .io (eg, mavendoctors.io), and .net (eg,
med-health.net and cancer.net). We merged the remaining 2

Thaker et al

TLDs together, which were .me and .nz, and were shared only
once. Table 3 provides details on the number of links shared in
each TLD and percentage of relevant resources.

To answer RQ1, we examined the association between TLDs
and the relevance of a resource. The chi-square test of
independence was performed on two categorical variables: TLDs
(.com, .gov, .org, .edu, .io, and .net) and relevance (relevant,
partially relevant, and irrelevant). The results indicated no

association between TLD and relevance (x?;,=19.2; P=.10).

Table 3. Top-level domain (TLD)-based distribution of shared resources and percentage of relevant resources (N=176 links).

TLD Links, n (%) Relevant resources (n=85), n (%) Partially relevant resources (n=52), n (%)  Irrelevant resources (n=39), n (%)
.com 99 (56.3) 50 (58.8) 27 (51.9) 22 (56.4)

.org 45 (25.6) 20 (23.5) 16 (30.8) 9(23.1)

.gov 16 (9.1) 9(10.6) 5(9.6) 2(5.1)

.edu 8(4.5) 2(24) 2(3.8) 4(10.3)

io 3(L7) 2(2.4) 1(L9) 0(0)

.net 3(L7) 2(2.4) 0(0) 1(2.6)

Other 2(11) 0(0) 1(L9) 1(2.6)

Resource Type Based on Content

Table 4 provides the distribution of resources based on content
type, whereas Table 1 shows an example of each resource type.
Health news and health articles were the topmost shared types
of resources and together accounted for 42% (74/176) of the
links shared. These types were closely followed by health
organizations and patient educational resources. The videos
were shared in approximately 4.5% (8/176) of cases and
included discussions by health experts (OncLive TV [61]),
patient experiences, and other emotional support videos

(relaxing music). NOCC peersal so shared health organizations
websitesto fulfill information needsrelated to physician listings,
funding ingtitutes, and nearby nonprofit organizations.
Web-based social groups were shared most of the time to point
to similar previous discussions in the same OHC or another
OHC. NOCC usersshared their own blogsand their lifejourneys
with their peers. Patient blogs were shared so that other OHC
users could contact them, whereas commerce websites were
used to share organic cosmetic products or clothing for patients
with cancer.

Table 4. Resource type-based distribution of shared resources and percentage of relevant resources (N=176 links).

Relevant resources (n=85), n

Partially relevant resources (n=52), n  Irrelevant resources (n=39), n

Resource type Links, n (%) (%) (%) (%)
Health news 38 (21.6) 23(27.1) 12(23.1) 3(7.7)
Health articles 36 (20.5) 20 (23.5) 11(21.2) 5(12.8)
Health organizations 21 (11.9) 12 (14.2) 6(11.5) 3(7.7)
Web-based social groups 20 (11.4) 8(9.4) 6 (11.5) 6 (15.4)
Patient resources 18 (10.2) 5(5.9) 11 (21.2) 2(5.1)
E-commerce 12 (6.8) 6(7.1) 1(19) 5(12.8)
Academic literature 11 (6.3) 8(9.4) 2(3.8) 1(2.6)
Patient blogs 9(5.1) 2(2.4) 3(5.8) 4(10.3)
Video 8(4.5) 0(0) 0(0) 8(20.5)
Nonheslth articles 3(17) 1(1.2) 0(0) 2(5.)

To answer RQL, the distribution of resource relevance was
checked for each resource type. Table 4 provides details of the
distribution of these resources. Table 4 shows that most of the
relevant resources came from health news and articles, followed
by health organizations. It was al so interesting that the fraction
of relevant resources within the category was the highest for
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shared academic articles. To answer RQ1, we performed a
chi-squaretest of independence between resource relevance and
resource types. We found a significant association between
resource relevance and resource type (x218=33.2; P<.001).

Furthermore, we applied the chi-square test of goodness of fit
for each resource type. The results indicated that health news
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(x?,=22.4; P<.001), health organizations (x%,=6.0; P=.02),
patient educational materials()(zz:?.o; P<.001), and academic

articles (x%=7.8; P=.01) were not equally distributed among
relevant, nonrelevant, and partially relevant resources.

Resour ce Purpose

Table 5 shows the distribution of the purposes of resource
sharing. Most of the resourceswere shared to provide additional
readings and point to resources. A much smaller proportion of
the resources was shared to provide supporting arguments and
subjects for discussion and to stay connected. Figure 3 shows
the distribution of resource types in each of the purposes of
sharing resources. It can be observed that providing additional
readings can be achieved by sharing every resource type except
videos. NOCC usersfound most of the additional readingsfrom
health articles and health news. Pointing to resources came
mostly from health organizations. Academic literature was
mostly shared to provide additional reading and supporting
arguments.

Thaker et al

Table 5 shows the percentage distribution of relevance for each
sharing purpose. It was observed that supporting arguments
resulted in the highest percentage of relevant documents,
followed by providing additional readings and pointing to
resources. No relevant documents were found in the roles of
staying connected and subjects for discussion. The category of
staying connected had some partially relevant documents; these
were the cases when the initial post users’ information needs
indicated an interest in connecting with patients and caregivers
with similar experiences. The chi-square test of independence
between resource relevance and resource-sharing purposes
showed a significant association between both variables

(x%=21.1; P<.001). Furthermore, we applied the chi-square test
of goodness of fit for each resource type. Providing additional
readings (x%,=22.9; P=.01) and pointing to resources (x%=7.7;
P=.03) were not equally distributed among rel evant, nonrel evant,
and partially relevant resources. This indicates that these
behaviors can be used to differentiate relevant and irrelevant
documents.

Table 5. Purpose-based distribution of shared resources and percentage of relevant resources (N=176 links).

Relevant resources (n=85), n  Partially relevant resources (n=52),

Irrelevant resources (n=39), n

Purpose of shared resource  Links, n (%) (%) n (%) (%)
Providing additional readings 84 (47.7) 43 (50.6) 26 (50) 15 (38.5)
Pointing to resources 67 (37.6) 32(36.8) 21(40.4) 14 (35.9)
Supporting argument 13(7.3) 10 (11.5) 2(3.8) 1(2.6)
Subject for discussion 6(3.4) 0(0) 0(0) 6 (15.4)
Staying connected 6(3.4) 0(0) 3(5.8) 3(7.7)
Figure 3. Number of different types of shared resources within each purpose.
Pointing to resources 11 9 7 5 11 1 1 5 o5
Providing additional reading 1 9 2 5 3 5 1 -20
Subject for discussion 0 0 1 1 0 1 0 1 0 -15
-10
Supporting argument 0 0 4 3 0 2 0 4 2
-5
Staying connected 0 0 0 0 1 < 0 0
-0
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User Reaction to Shared Resour ces

Overview

In this section, we examine the like reactions of the forum users
to a post in the thread and its connection to the information

https://cancer.jmir.org/2022/2/€33110
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value of the post. This analysis is important to assess whether
the number of likes from the community could be considered
asasign of apost’s value so that posts with many likes could
be promoted and recommended as valuable. Table 6 arranges
thelike statisticsfor different groups of postsin order of general
increase of their value. We considered commentswith linksand
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comments to a post started by a question as potentially more
valuable than average comments, as a link could provide
valuable information, and a comment to a question is likely to
contain a valuable answer. Comments with both properties
(posted in responseto aquestion and has alink) should be more
valuable than comments with only one of these properties. To
examine these most valuable comments in more detail, we
selected 105 threads where a question was asked in initial posts

Thaker et al

and links were shared in comment posts. In Table 6, these
threads are referred to as filtered threads. Arguably, the peak
valueisreached in comments within the threads that have links
that are judged to be relevant to the question by the annotators.
It should be noted that just the fact that a post hasalink and is
posted in response to a question does not assure that the link is
relevant: only approximately 48.3% (85/176) of theselinks are
relevant.

Table 6. Details of OHC? user reactions on comments with shared resources.

Comments Relevance Number of Number of Likes on comments
threads comments
All NOCCS users Users who started the
thread, /N (%)

Values, n (%) Likes, mean (SD)
All comments (909 threads) __d 909 14,814 11,853 (80.01) 2.95 (2.41) 283/14,814 (1.9)
Comments with links — 187 487 374 (76.83) 2.34(2.01) 8/487 (1.6)
Commentsin NOCC-QT®  — 435 6063 4382(72.27)  2.55(2.47) 119/6063 (2)
Commentsin NOCC.RS ~ — 105 176 110(6321)  1.47(1.69) 7/176 (2.8)
Commentsin NOCC-RS  Irrelevant 21 39 23(58.82) 0.98 (1.31) 2/39 (2.9)
Commentsin NOCC-RS Partially relevant 37 52 27 (52.83) 1.41 (1.86) 1/52 (1.8)
CommentsinNOCC-RS ~ Relevant 57 85 60 (70.93) 1.74(1.71) 3/85 (3.5)

30HC: online health community.

BFiltered threads are 105 threads considered in this study where a question is asked ininitial posts and links are shared in comments posts.

°NOCC: National Ovarian Cancer Coalition.

INot available.

eNOCC-QT: National Ovarian Cancer Coalition question threads.
fNOCC-RS: National Ovarian Cancer Codlition shared resource.

Reaction From Thread I nitiator

We started by examining the like reactions from the user who
started the thread with a question, as shown in the last column
of Table 6. As the data show, the assumption that the likes of
the target user (who wants an answer) reflect the value of the
post is correct: the fraction of liked posts increases as we go
down the table. The assumption that the target user will have a
stronger like reaction to relevant documents shared in response
totheoriginal postisgenerally correct. The proportion of target
user likes for any response to a question (119/6063, 2.04%) is
higher than the number of their likes of an arbitrary post
(283/14,814, 1.91%). The proportion of likes for aresponse to
a question with links is even higher (7/176, 2.8%), and the
proportion of likes on responses with relevant links (3/85, 4%)
isthe highest overall, approximately twice as high asan average
post with a resource link (8/487, 1.6%). Unfortunately, even
for relevant links, the proportion of cases in which the post
initiator likes a comment to their post is very low. Although
theselikesfollow the expected trend, their low proportion makes
it impractical to use the like behavior of the target user as a
source of data to distinguish and recommend relevant
documents. To examine whether the like behavior is associated
with the relevance of a shared resource, we performed a
nonparametric Kruskal-Wallis test (H test). The H test was
selected as the data were not normally distributed, and the H
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test was performed to compare likes by thread initiators on
filtered threads. Although the percentage of likes was higher
for comments with relevant resources, there was no significant
difference (H=0.073; P=.70) between likes on comments with
shared links and comments with shared relevant links.

Reaction From the Community

If we consider the whole community (ie, the like reaction of all
forum users), the coverage of comments with likes remarkably
increases. Although only 1.91% (283/14,814) of all comments
were liked by the originating user, 80.01% (909/14,814) of
commentsreceived at |east one like from the whole community,
with 2.95 likes per comment on average. However, the
connection between the likes and the information value of the
post surprisingly goes in the opposite direction. Although the
proportion of likesfrom thetarget user increases aswe go down
the table to more valuable posts, the proportion of community
likes decreases. Instead of increasing the likeability of a post,
adding a link decreases the community likeability of a post to
76.8% (187/487; mean 2.34, SD 2.01 likes). Thistrend is even
more pronounced in filtered threads that start with a question,
where likeability falls from 72.27% (435/6063; mean 2.55, SD
2.47) 10 63.2% (105/176; mean 1.47, SD 1.69) for replieswith
a link. This trend breaks only at the very end of the table:
answerswith relevant links (57/85, 71%; mean 1.94 likes) were
still slightly more likable than average answers with links but
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were still less likable than an average reply to a post with a
question (436/6063, 72.27%; mean 2.55). Thisinteresting data
indicate that the liking behavior of the originating user is
different from the liking behavior of the whole community. We
hypothesized that the likes of thetarget user were driven mostly
by appreciation of the information and its relevance, whereas
the likes of the community are driven more by compassion and
acknowledgment of the effort to answer. In this situation, posts
with links, which require more cognitive effort to consume
before acknowledging, receive a lower share of likes, even if
these posts look relevant. Unfortunately, this observation also
means that community liking behavior cannot be considered a
reliable indicator of apost’'s value. An H test on likes from the
community on comments with filtered threads further revealed
that there was no significant difference (H=2.1; P=.10) between
likes on comments with shared links and likes on comments
with relevant shared links.

Discussion

Principal Findings

Survivors of OvCa and caregivers increasingly rely on OHCs
for informational support [15,16]. Survivors of OvCa and
caregivers can exchange information individualized to their
needs on OvCa OHCs [15-18]. As aresult of thisinformation
exchange, users often share resourcesthrough web links[17,18].
Survivors of OvCa and caregivers might not be health experts
[62]; thus, it is vital to know if the resources shared on OvCa
OHCs are relevant to their information needs. Research has
examined resource sharing in OHCs in the past; however, there
is a paucity of studies that look at the relevance of such
resources. This study fills this gap by examining the relevance
of shared resources on an OvCa OHC forum and extends prior
research [22,23] by examining the association of resource
relevance with different aspects of resource-sharing behavior.
An in-depth understanding of resource-sharing behaviors
associated with resource relevance can help find informative
resources shared in OHCs. As expected, this study found that
only half of al the shared resourceswere relevant to information
needs. An analysis of different aspects of resource-sharing
behavior suggeststhat resource behavior, including the purpose
of sharing aresource and the type of resource, can be areliable
indicator of relevant shared resources, whereas explicit feedback
of OHC users on a shared resource was not areliable indicator
of resource relevance.

Resource Relevance

The results show that OvCa OHC peers can provide relevant
resources related to the information needs of OvCa OHC users
only half the time. This result does not indicate that users
information needs from the initial post were not met. Rather,
theresultsindicate that OvCa OHC users, who are survivors of
OvCaand their caregivers (health care consumers who most of
the time are not health care experts), might not be as efficient
as we expected in finding relevant resources. For example, the
user asks about the side effects of specific chemotherapy
(altretamine), but the resource shared is pointing to the National
Comprehensive Cancer Network guidelines[63], which contain
genera side effects from any chemotherapy but not specific to
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atretamine. In addition, from the shared resources,
approximately 29.5% (52/176) of time the resources shared
were partially relevant, which indicates that OvCa OHC users
information needs are sometimes individualized and not
addressed by generalized OvCa resources, such as patient
education materials. This insight provides motivation for
building a health resource recommender system that would
individualize resources based on patients’ information needs
and current disease trajectories.

This study found two important indicators for the topical
relevance of shared resources: the types of shared resources and
the purpose of shared resources. The findings related to the
relationship between topical relevance and different
resource-sharing behaviors complement and extend the study
conducted by Zhang and Sun [22]. They studied the shared
resourcesin theinitial posts of athread, whereasweinvestigated
the shared resources in the comment posts to address the
information needed in theinitial post from the samethread. The
fact that we studied the topical relevance of these resources and
unveiled the association between resource-sharing behaviors
and topica relevance may have the following benefits: (1)
recognize the sources from which OvCa OHC usersfind relevant
resources, (2) use resource-sharing behaviors to aggregate
reliable shared resources in an OHC, and (3) recommend
resources to OHC users with similar information needs so that
they do not have to always rely on peer users.

Resour ce Type and Resour ce Relevance

Exploration of resource type sharing revealed that NOCC users
rely more on health consumer materials, including health news,
health articles, and patient education resources, and less on
health professional materials, such as academic literature (only
11/176, 6.3%). This could be as survivors of OvCa and
caregivers often do not have adequate health literacy to
understand health professional articles. On the other hand,
patient material stargeted toward health consumers are probably
more suitable [64]. However, when shared, academic literature
was relevant to the information needed 73% (8/11) of thetime.
We assume that the high relevance of academic literature is
because it can fulfill the complex information needs of OvCa
OHC users.

NOCC peersalso shared patient-generated materials, including
patient blogs. Most of the time, patient blogs were meant to
share their life journey and survival experiences with fellow
users going through the OvCa journey. “...Is there anyone who
has something similar?...” and “...Anyone out there survived
against all oddsfor longer than 3 years before recurrence?’ are
some examples of information needed for which patient blogs
were shared. A few times, patient blogs were also shared with
the purpose of staying connected to the user who asked the
guestion, as shown in the two following comments. “If XXX
or you would like to connect with me more, | am at
www.xxxblog.com” and “I recommend you go to my blog
www.xxx.blogspot.com if you would like to stay in touch.”
Thus, patient blogs are important resources that contain real
patient experiences and provide a platform for connecting with
fellow OHC users. Previous studies have found that forum users
prefer narrative articles and user blogs over nonnarrative articles
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[65,66]. However, our study observed that patient blogs were
shared only 4.5% (8/176) of thetime. In addition, patient blogs
shared with the purpose of staying connected were mostly
partially relevant or irrelevant, as they were not targeted to
answer OHC users’ specific information needs. We assume that
the reason could be the complex and unique information needs
of OvCaforum users. Hence, finding similar experiencesis not
alwaysfeasible. Therefore, only afew patient-generated articles
were shared.

Prior research [22] observed that news articleswere shared only
13% of the time, whereas we observed that news articles were
shared many times (38/176, 21.6%). One of the reasonsfor this
could be therarity of OvCa. Survivors of OvCaand caregivers
arelooking for new treatments and information on clinical trials,
and symptom management and health news are good resources
for identifying these new findings. There were many shared
resources pertaining to the news that included news on new
clinical trials, the studied effect of OvCamedication, and recent
studies about new treatments, which further clarified that
survivors of OvCa and caregivers are eager to learn about new
findings and treatments available for a cure.

Resour ce Purpose and Resour ce Relevance

Zhang and Sun [22] studied the different purposes of resource
sharing in a diabetes OHC. They studied resource sharing in
initial posts, which were posted to share experiences, start
discussions, and ask questions. However, we studied resource
sharing in reply comments, which were intended to answer
guestionsasked intheinitia post of thethread. Thisisimportant
as this study aimed to understand the relevance of shared
resources, and questions asked in the initial post act as
information needed against which the resource is shared.

Similar to Zhang et a [22], OvCa OHC users purposes for
sharing resources include staying connected, providing further
reading, subjects for discussion, and supporting arguments.
However, a new category of pointing to resources was
introduced in this study after the first round of annotator
discussion. The pointing to resources category was added to
handle cases where the purpose of the link was to provide
available health resources (health institutions, search engines,
or physicians) rather than providing direct reading material. We
believe the reason for this category in our post is that Zhang et
al [22] studied link sharing ininitial posts, whereas this study
focused on comment posts, where resources were shared to
answer gquestions in the initial post. The pointing to resources
purpose was used to answer questions regarding funding
resources, clinical trials, and physicians' listings. This category
had the second-highest purpose of sharing resources. This
finding also provides an important insight that patientson OvCa
OHC require much advice on searching for treatment and
funding resources. A chi-square test revealed that pointing of
resourcesisassociated with relevant articles and isan important
indicator of relevant resources.

User Reaction to Shared Resource and Resource
Relevance

Previous studies have shown that the perceived credibility of a
post increases if more people like the post or show gratitude
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toward it [67]. NOCC followed a similar pattern, with more
likes on relevant links and fewer likes on nonrelevant and
partially relevant links. However, these likes are different from
average like behavior on links; thus, they are difficult to rely
on asthey are not significantly associated with shared resource
relevance (Table 6). This can be inferred from users average
like behavior, which changed from 1.41 to 1.74; therefore, is
hardly noticeable and is not significant, as shown in Table 6.
Sarmaet a [36] observed that user like reactionswere not useful
in ranking informative comments on the Twitter platform [68].
In line with previous studies, despite higher coverage, the like
reaction of the whole community might not be a reliable
indicator of the overall usefulness of a resource in NOCC
[69-71]. Furthermore, alike reaction from the original user with
the question could serve as an indicator of resource relevance;
however, the low coverage of these likes (at maximum 3/85,
4% for relevant resources) makes it difficult to use this source
of feedback in practice for finding relevant resources.

Future Work and Practical Implications

Health Care Educators

Our study observed that patient education materialswere shared
only 10.2% (18/176) of the time and were partially relevant or
irrelevant 72% (13/18) of the time. This result informs health
educators that patients often seek other materialsto fulfill their
information needs. One of the well-known education materials
for patientswith OvCaisthe OvCaguidelinesfrom the National
Comprehensive Cancer Network. The guidelineswereidentified
aspartialy relevant to the needs 86% (6/7) of the times shared.
A possiblereason could bethat patient education materials have
to be more personalized to satisfy anindividual patient’s needs.
Thisfinding highlights aresearch gap for further improvement
of patient education materials. For example, educational
materials could include relevant patient case studiesto be more
personalized.

Another insight on patient educational materialsisthat patients
with OvCafound morerelevant documentsfrom the news. This
suggests that patient education materials can be updated with
new facts and findings so that patients do not have to rely on
external resources, which can potentially be misleading or
untrustworthy.

OHC Administrators and Users

This study found that it is not informative on the relevance of
shared resources to examine OHC users' behaviors on the like
button as feedback. This informs OHC forum administrators
that a better and more informative feedback mechanism should
be considered for OHCs. Our finding is aso consistent with
that of arecent study by Sarmaet al [36], who found that forum
user feedback in the form of likes is not enough to obtain
informative feedback. A few examples of more informative
feedback arethe hel pful button for shared resources, best answer
button for initial post user feedback, and best answer button for
forum moderator feedback. A more comprehensive study is
required to understand better ways of obtaining user feedback
on OHCs.

The study also reveds that there is an association between
relevance and different aspects of resource-sharing behaviors.
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Animportant implication of thisstudy could be the accumulation
of alibrary of patients with OvCa and their caregivers. OHC
administrators can collect the resources shared by users and
providealibrary of resourcesto users so that they can bookmark
and use these resources for future use. Survivors of OvCa have
different information needs at different stages of the disease
and treatment trajectory [72]. A health article library with
predefined information needs and topics could work as a
frequently asked questions list, which patients can browse
through to meet their specific needs.

Recommender Engine

It is a challenge to make informative content discoverable for
patients with cancer. In addition, OvCa is a rare disease for
whichtheinternet hasrelatively fewer resources and experiences
low quality [73]. Search engines hel p patientsfind information;
however, their precision on the internet is low [16]. This study
was conducted as part of our HELPeR project [74]. The goal
of the HEL PeR isto provide survivors of OvCaand caregivers
with personalized health resources and reading materials. The
study finding that relevant resources are shared only half of the
timefor acorresponding information need providesamotivation
for the requirement of a recommender engine. It also provides
insights that inform the types of resources to include and what
rolesthese sources can fulfill; for instance, recommending more
health news, hedth articles, and resources from health
organizationsthat are frequently shared on NOCC. Thefinding
of an association between relevance and resource-sharing
behaviors reveals which user behaviors are reliable in
determining the relevance of a resource. This can be used to
automate data collection for training amachine learning—based
recommender engine.

Limitations

First, the relevance of aresourceis based on topical relevance,
which measures whether the provided resource addresses the
corresponding question asked by the user. While checking for
relevance, users’ knowledgelevel isnot considered, which could
play amajor roleintherelevance of aresourceto anindividua’s
information need. For example, if a person with no medical
background is provided with academic literature to fulfill their
information needs, it may be difficult for them to understand
the literature [20,75,76]. Similarly, other aspects of relevance,
including the trustworthiness and clinical validity of the
document, were not considered in this study [23,77]. Future
work should combine the three aspects together to understand
therelevance of adocument, including topical relevance, users
knowledge level, and resource trustworthiness.

Second, the study assumed OHC users' information needs based
on the questions asked by the user and the background
information provided by the user within this post. The relevance
of the shared resources is based on the user’'s expressed
information needs. This might not affect relevance if the actual
information needed is different. For example, the user may not
know how to express their information needs, or the user may
not provide a proper context to fully understand their
information needs.

Thaker et al

Third, the study only analyzed 1 OvCa OHC; therefore, the
results cannot be generalized to all OvCa OHCs. NOCC is a
private and closely connected community; therefore, these
results cannot be generalized to open OHCs such as WebMD
[37] and question answering forums such as Yahoo Answers
[78]. The study included data generated by the NOCC from
2010 to 2020 (10 years). However, NOCC contained only 909
threads during this period. This could be as OvCaisarare cancer
andisdiagnosed in later stages. Hence, the study was performed
on avery small data set. Future studies can include data from
other OvCa OHCs to further improve the generalization and
study scale.

Fourth, the study did not differentiate forum users based on
their cancer stage and disease trajectory. We acknowledge that
users in the later stages of the disease trajectory might have
more expertise in handling the disease and treatment [76] and
would thus have different views of relevant resources. However,
as presented before, this is an inherent limitation of using a
web-based forum, as users information about the disease
trajectory, medications, and ongoing treatment might not be
available.

In future work, we would also like to study how different types
of information needs influence the relevance of resources. The
type of information needed can range from early diagnosis to
treatment decisions, disease management, and palliative care.
Thisinvestigation can reveal specific cases or topics for which
peers are unable to find relevant information. Thiswill helpin
determining the simple and complex needs of OvCaOHC users
and help us investigate which needs are till not fulfilled by
OvCa OHC peers.

Conclusions

Health professionals and clinicians are unable to support each
need of survivors of OvCa and their caregivers. Health
professionals provide survivors of OvCa with generic patient
educational materialsthat are not sufficiently individualized to
meet the needs specific to each patient. OHCs provideclinicians
and researcherswith aplatform to observe the needs of survivors
of OvCa and the resources that they rely on. In this study, we
leveraged OHCs to investigate the resources that survivors of
OvCaand their caregivers entrust to accomplish their and their
peers' information needs. Our study revealed that OHC users
found more relevant resources from health news and health
articles. Further investigation of OHC resource-sharing behavior
revealed that direct evidence such as user reactions and TLDs
were not enough to reveal the relevance of aresource, whereas
implicit behavior, including types of resources shared and the
purpose of resource sharing, had a direct association with
resource relevance. The findings present implications and
motivations for designing web-based recommender systemsto
support health information-seeking survivors of OvCa and
caregivers. Subsequently, this resource collection will become
part of our recommender system. Subsequent studies should
further investigate how aresource’s relevance is influenced by
the different types of information needs.
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Abstract

Background: Owing to gonadotoxic cancer treatments, young adult female survivors often report uncertainty about their fertility,
reproductive potential, and family-building options after treatment. Roadmap to Parenthood is a web-based decision aid and
planning tool for family building after cancer.

Objective: As part of a patient-centered development process, this study evaluated the usability of the decision aid website to
inform design modifications and improve user experience.

Methods: Intotal, 2 rounds of usahility testing were conducted with the target popul ation of young adult female cancer survivors.
During the testing sessions, participants viewed the website twice; first, as athink-aloud exercise, and second, while aresearcher
interrupted at key points to obtain user feedback. Quantitative and qualitative data were collected to assess website usability.
Quantitative measuresincluded the System Usability Scale, WebQual, and eHealth Impact Questionnaire. An exit interview with
open-ended questions gathered feedback on likes and dislikes and suggestions for improvement.

Results: Participants (N=10) were young adult women, with average age of 30.9 (SD 4.51) years, and average time since
treatment was 4.44 (SD 3.56) years. Website usability scoresimproved on the System Usability Scale from “acceptable” in round
1to “excellent” in round 2 after making design changes based on user feedback (scores of 68 and 89.4, respectively). WebQual
scores showed similar improvement from round 1 to round 2 of testing (mean 5.6 to 6.25; range 1-7). On the eHealth Impact
Questionnaire, theinformation and presentation of the website was perceived as comprehensive, easy to understand, and trustworthy.
Participants al so reported improved confidence to discuss and manage fertility and family-building issues and felt encouraged to
play a more active role in managing their fertility. In al, 3 usability themes were identified from the qualitative feedback: ease
of use, visibility and navigation, and informational content and usefulness. Overall feedback was positive, and participants reported
intentions to use the decision aid website in the future. In total, 10% (1/10) of the participants reported negative emotions when
learning about infertility risks and potential family-building challenges.

Conclusions: Website usability improved after design changes were made in response to user feedback. Young adult female
survivors reported positive views about the website and indicated that the decision aid would be useful in decision-making about
family building after cancer. Future studies will include further design modifications to consider the emotional experiences of
users and any additional navigational features or content to optimize the ease of use and support provided by the tool.

(JMIR Cancer 2022;8(2):€33304) doi:10.2196/33304
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Introduction

Background

In young adult cancer survivors, gonadotoxic treatments may
negatively affect fertility and reproductive health [1,2]. In the
aftermath of cancer, questions surrounding fertility status and
implications for family-building options are often distressing,
particularly for young women who may wonder about their
chances of achieving pregnancy, reproductive time line, or
health risks [3,4]. On the basis of the principles of
patient-centered care, women should be supported in making
informed, values-based decisionsthat align with their long-term
goals for family building [5]. Resources are needed to educate
and support women in seeking reproductive health care after
treatment and making decisions about family-building options.

Fertility and Family Building After Cancer

It iswell established that young adult female cancer survivors
are often uninformed and worried about potential fertility issues
following cancer treatment and endorse high rates of unmet
support needs[6-8]. Most are unableto preservefertility before
treatment owing to many factors (eg, time constraints, emotional
distress, and cost), and there is great uncertainty about fertility
and family-building options after treatment is completed [9-11].
Among women who wanted children after cancer, 64% worried
about fertility problems; however, only 10% had undergone
fertility evaluation since their treatment ended [6]. Fertility is
recognized as an important survivorship issue [12]; however,
patients are often not counseled about options to evaluate and
monitor fertility over time or about alternative family-building
options if natural conception is not possible. These options
include using reproductive medicine (eg, in vitro fertilization
or surrogacy with fresh, frozen, or donated gametes) or adoption
or fostering, but have medical, psychosocial, financial, legal,
and logistical challenges[13-15].

Decision-making About Family Building After Cancer

Making decisions about reproductive health care and family
building after cancer can be overwhelming and distressing.
Previously, we found high rates of decisional conflict about
family building among young adult female survivors who
reported feeling uninformed about their options (86%) and
unclear about personal values (74%) and lacked guidance (70%)
and adequate emotional support (35%) [6]. Even wheninformed,
women still face uncertainties surrounding inexact estimates of
fertility potential, likelihood of success with assisted
reproductive technology, health risks, direct and indirect costs,
and unknown bureaucratic difficulties. Decision aids have
proven effective in hel ping young women diagnosed with cancer
to make decisions about fertility preservation before treatment
[16]. We are aware of 10 decision aids designed for women
with cancer who are considering fertility preservation before
treatment (only 4 aids are in English and 6 aids are for breast
cancer only); efficacy data are available for 4 of these decision
aids as of September 2021. Studies report good acceptability
and satisfaction among women and positive effects on

https://cancer.jmir.org/2022/2/e33304/

decision-making outcomes (eg, improved knowledge and
decisional conflict) [17-19]. Consistent with the broader decision
science literature [20], these studies provide initial support for
the utility of decision aids for young adult female cancer
survivors facing fertility decisions. However, none of them
include comprehensive information about decisions that must
be made after treatment is completed to address follow-up
guestions about fertility outcomes and decisions about
reproductive health care and family building and to help plan
for the future for those not yet ready to start their family
building. Other oncofertility resources exist (eg, educational
materials), but these are of varying quality with limited data
about their development and efficacy; very few describe
user-centered design processes [21].

Onthe basis of extensive pilot study and following user-centered
design practices [6,11,13,22], we developed a web-based
decision aid and planning tool for family building after cancer,
Roadmap to Parenthood. Briefly, the interactive tool provides
information about cancer treatment’s effects on fertility and
family-building options if natural conception is not possible
and includes avalues-clarification tool, family-building stories
from other survivors, and guidance for next steps action
planning. Additional resources include in-depth information
about specific topics, financia loans and grants, and
psychological support including connecting with cancer-related
and fertility-related organizations. It was designed to be used
by single and partnered women, inclusive of sexual orientations,
anditisappropriate for all stages of decision-making readiness
and expected family-building timelines. In other words, women
can use the tool to make intermediary decisions about
preparatory actions (eg, seek a fertility evaluation, undergo
fertility preservation after treatment if possible, or plan
financially) and plan for the future if they are at risk for
experiencing fertility problems (eg, premature menopause), but
their desired time frame for parenthood is not many years.
Ultimately, the overarching goal of the Roadmap to Parenthood
decision aid tool isto encourage survivorsto beinformed about
family-building options, set realistic expectations about potential
difficulties, and plan ahead if desired, while a so inspiring hope
and confidence that parenthood may be achieved, despite their
cancer histories.

Objectives

Previously, we described the development of the Roadmap to
Parenthood decision aid website prototype[23]. Previous studies
have shown that usability testing can help developers optimize
decision support toolsfor future end users[24,25]. The usability
of such a tool refers to the extent to which it may be used
effectively and efficiently to achieve specified goals in a
specified context of use and includes user satisfaction (eg, the
tool is easy to learn, tasks can be performed quickly with
minimal errors, and the design is pleasant) [26,27]. Usability is
an aspect of the overall user experience, which is a broad
concept that includes all components of a user's motivations
and needs and their interaction with and perceptions of thetool,
such as whether it is useful, usable, desirable, accessible,
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credible, and valuable[28,29]. Here, we have reported the results
of usahility testing of the tool and responsive design changes
as part of an iterative user-centered devel opment process. Our
goal was to evaluate and improve the usability of the website,
thus contributing to a positive user experience, and to optimize
the website as a support resource for young adult female cancer
SUrvivors.

Methods

The study was conducted at Northwell Health and the &ffiliated
Feinstein Ingtitutes for Medical Research, a large academic
hospital and research institute in New York.

Ethics Approval

All the study procedures were approved by the Northwell Health
Ingtitutional Review Board (18-0516).

Decision Aid Prototype

As described in the previous section, the Roadmap to
Parenthood is a web-based decision aid and planning tool for

Benedict et al

family building after cancer, designed to be used by young adult
female cancer survivors who may be at risk for fertility and
family-building problems owing to gonadotoxic treatments. It
is based on the experiences of young adult female survivorsin
the United States and is written in English. Personalized
information about infertility risk and likelihood of successwith
family-building options is not provided. The design of the
decision aid followed guidelines from the International Patient
Decision Aid Society and Ottawa Decision Support Framework
for developing patient decision aids [30-32]. Guidelines from
the Office of Disease Prevention and Health Promotion [33],
National Ingtitutes of Health [34], Centers for Medicare and
Medicaid Services [35], and Stanford University Office of
Digital Accessibility [36] also were followed to ensure that the
design and content were accessible to most users, including
users with varying levels of health literacy, users with
disabilities, and culturally diverse populations (previously
described by Benedict et al [23]). Selected pages from the
website are shown in Figure 1.

Figure 1. Selected pages from the Roadmap to Parenthood decision aid website. Some of the design aspectsillustrated by these pages include the top
and bottom navigation bars; using color, white space, and drawer design to chunk and divide sections; using icons to indicate information about
family-building options; and call-to-action buttons (side and bottom) to guide the user journey.

Roadmap to
Parenthood

Building a family oftercancer

(full page not shown)

Participants

Eligible participants were English-speaking women, aged 18
to 39 years, who completed potentialy gonadotoxic cancer
treatment (eg, systemic chemotherapy, radiation to the pelvic
areaor brain, or surgery affecting the reproductive organs) and
reported a desire for future children or uncertainty about
family-building plans. Participants needed to have internet
access and use a computer, tablet, or smartphone.

https://cancer.jmir.org/2022/2/e33304/

RenderX
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Procedures

Participants (N=10) were recruited through the Northwel | Health
system and social media. It has been established that testing a
product with 5 participantsis sufficient to revea approximately
80% of the product’s usability issues [37]. For hospital-based
recruitment, a list of eligible patients was generated using
electronic health record data, and letters were mailed to invite
participation. Young adult cancer organizations (eg, Stupid
Cancer and Lacuna Loft) also posted institutional review

JMIR Cancer 2022 | vol. 8| iss. 2 [€33304 | p.126
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

board—approved advertisements on their social media pages,
with links to submit contact information via a secure platform.
A research coordinator followed up with those who submitted
their contact information via a telephone call to describe the
study and answer questions. Participants were provided with
information about the study objectives and participation
requirements. Written informed consent was obtained remotely
(via REDCap [Research Electronic Data Capture; Vanderbilt
University]), and then, the participants were scheduled for a
usability testing session. Compensation (US $10) was provided
after completion of the testing session.

Usahility testing was conducted by the principal investigator
(Pl) and Northwell Usability Lab, which has extensive
experience and expertise in developing patient decision aids
following user-centered design approaches, including usability
testing and data analysis [38]. Totally, 2 rounds of usability
testing were conducted, allowing the study team to make design
changes that were responsive to initial usability problems and,
then, to test an updated prototype. Each participant completed
only 1 usability testing session (ie, different participants were
included in round 1 and round 2 of testing). The first round of
testing included 6 testing sessions, at which point saturation
was reached in identifying usability issues[39], and adecision
to halt testing to address critical design flaws was made.
Following changes to the website in response to theinitial user
feedback, the second round of testing included 4 additional
sessions with new participants to eval uate the updated website.

For each round of usability testing, participants completed a
brief baseline survey and then participated in ausability testing
session (30-45 minutes). A member of the Northwell Usability
Lab led the testing sessions with at least one other study team
member and the Pl (CB) present, allowing for observer
triangulation to identify problemsin user experience and design.
To evaluate website usability, certain key issues were assessed,
including evaluation of users’ ability to find desired information,
evaluation of the clarity of and comfort with the website content,
and identification of barriersto full use and ease of navigating
through the website. Participants were asked to view thewebsite
prototypetwice. First, they explored the websitein athink-aloud
exercise in which they provided a verbal talk-track describing
their experiences with the content and navigation through the
site, while the researchers also observed how they interacted
with the site. Then, they reviewed the website a second time,
and aresearcher interrupted at key pointsto obtain feedback on
specific visual and written content, transitions between
webpages, information flow, and design. These interruptions
were responsive to the actions of the users asthey explored the
website and enabled the research team to clarify various aspects
of the user experience, points of confusion, and users’ preferred
modifications. The sessionswererecorded viaaudio and screen
capture (ie, recording participants’ verbal feedback and visual
representations of website navigation), and members of the
research team took notes during each testing session. Upon
completion, participants completed a survey and an exit
interview.

https://cancer.jmir.org/2022/2/e33304/
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M easures

The baseline survey included standard sociodemographic and
medical history questions and the eHealth Impact Questionnaire
(eHIQ)-part 1 (10 items), a validated measure of general
attitudes toward using the internet to access health information
and perceived value of web-based health-rel ated resources [40].

Following the testing session, several measures quantified the
usability and impact of the website, including aspects of user
experience (eg, perceptions of credibility and value). The System
Usability Scale (SUS; 10 items) isareliable, industry-standard
tool to measure perceived ease of use of a website across
usability factors [41]. Scores are converted to a0 to 100 scale,
with ascore of 68 considered as cutoff point for “ above average”
and a score of 85 considered as “excellent” usability [42,43].
WebQual (7 items) isamultidimensional measure of consumer
evaluation of websites (eg, perceived usefulness, ease of use,
and intent to reuse the website) [44]. Scoresrangefrom 1to 7,
with higher scores indicating more positive evaluation of the
website. The eHI Q-part 2 assesses theimpact of using aspecific
website for health purposes. Subscales of the eHIQ-part 2
include the following: Confidence and Identification, measuring
confidence to discuss health with others and ability to identify
with the website (9 items); Information and Presentation,
measuring perceived trust and suitability of the website content
(8 items); and Understanding and Motivation, assessing
understanding and learning about relevant information and
motivation to take action (9 items) [40]. Scores range from 0
to 100, with higher scores indicating more positive evaluation
and impact of using the website. Finally, open-ended questions
during the exit interview explored the participants overall
impressions, likes and didlikes, emoctiona reflections,
recommendations, and expectations for future use.

Data Analysis

Descriptive statistics were used to anal yze the sociodemographic
and medical characteristics of the sample and the eHIQ-part 1
data, providing abaseline understanding of participants general
attitudes toward web-based health resources (ie, not specifically
related to the decision aid toal).

Qualitative and quantitative data from the usability testing
sessions were analyzed. Think-aloud feedback and answers to
the open-ended questions of the exit interview were analyzed
qualitatively to capture perceptions of usability, aspects of user
experience, and user recommendations for design changes.
Coding team members performed content analyses of testing
session notes, grouping the feedback points from each
participant into overarching categories based on a priori codes
derived from previous studies on developing patient decision
aids and the literature [25,45]. An iterative process of coding
and group discussion was conducted to verify initial codes,
definitions, and overarching themes. At least 2 team members
coded al the data. Team members revisited the audio and
Hypercam (Hyperionics) recordings for content and wording
clarificationswhen necessary. Northwell Usability Lab members
ensured that coding was consistent across coders by creating a
code book with definitions, discussing how they would code
sample sections of the session notes and confirming team
member agreement of coded data. The PI (CB) reviewed the
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coding and thematic categories and discussed with the team
how the results should be used to make website design changes.
Data from open-ended questions during the exit interview were
summarized to identify patternsin likes and dislikes, emotional
reflections, and recommendations and for additional context to
understand participant feedback and the overall user experience.
In addition, quantitative survey data (ie, SUS, WebQual, and
eHIQ-part 2) collected after participants completed the usability
testing session were summarized descriptively. Data were
divided between the 2 rounds of testing (round 1: 6/10, 60% of
the total sample and round 2: 4/10, 40% of the total sample)
and compared. Design modifications were made after the first
round of testing, when content analysis of the testing data
indicated that no new usability issues were identified. Thus,
comparing the results across these subgroups allowed us to
evaluate whether improvements in usability were successful
with design changes and assess whether optimal usability had
been reached. Given the small sample size, tests of statistical
significance were not performed.

Benedict et al

Results

Participant Characteristics

Participants (N=10) were young adult female cancer survivors
with average age of 30.78 (SD 4.51) years, with previous
diagnoses of breast cancer, cervical cancer, uterine or
endometrial cancer, Hodgkin lymphoma, or leukemia. On
average, time since treatment was 4.44 years (SD 3.56 years;
Table 1).

At baseline, before viewing the website, participants reported
strong agreement that the internet can be useful to deal with
health problems, and 60% (6/10) of the participants agreed or
strongly agreed that they would use the internet to help make
decisions about health (eHIQ-part 1 items). The internet was
also seen asagood resourceto learn about others health-related
experiences and decision-making, and health-related websites
could provide reassurance that participants were not alonewith
their health concerns.

Table 1. Sociodemographic and medical characteristics of the sample (N=10).

Sample characteristics

Values

Age (years), mean (SD; range)
Age at diagnosis (years), mean (SD; range)
Time since treatment (years), mean (SD; range)
Race, n (%)
White
>1 race
Ethnicity, n (%)
Hispanic
Education (highest attained to date), n (%)
High school degree
College degree
Postgraduate degree
Cancer diagnosis, n (%)
Breast
Cervical
Uterine or endometrial
Hodgkin lymphoma
Leukemia
Cancer treatment (not mutually exclusive), n (%)
Chemotherapy
Surgery that involved removal of the uterus or both ovaries
Radiation that included the abdominal or pelvic region or brain
Bone marrow or stem cell transplant
Hormone therapy or immunotherapy

Other

30.90 (4.51; 25-39)
26.13 (6.59; 15-35)
4.44 (3.56; 0.6-10.92)

9 (90)
1 (10)

1(10)

1 (10)
4 (40)
5 (50)

2 (20)
1(10)
1(10)
5 (50)
1(10)

10 (100)
2(20)
3(30)
2(20)
1(10)
1(10)
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Usability Survey Data

Scores on usability measures demonstrated improvement in
website usability from round 1 to round 2 of testing (before and
after making design changes). SUS scoresin round 1 averaged
68 (possible range 0-100), indicating “acceptable’ usability.
After design modifications, SUS scores in round 2 averaged
89.4, representing “excellent” usability and reaching the
threshold for optimal usability for awebsite. Average WebQual
scores (possible range 1-7) also improved from round 1 (mean
5.6) to round 2 of testing (mean 6.25; Figure 2). On ascalefrom
1 (not at all likely) to 10 (extremely likely), al participantsin
round 2 responded that they would recommend the website to
afriend or other cancer survivor, with scores ranging from 9 to
10.

Perceptions of the website were also evaluated using the
eHIQ-part 2. Previous studies have used a cutoff score of =65
for eHIQ subscales to indicate that the website was rated

Benedict et a

positively by users [46], and all subscale scores in round 2 of
testing were higher than this cutoff (Figure 3). Theinformation
in and presentation of the website were perceived as being
comprehensive and easy to understand, and pictures or images
were viewed as being used appropriately. In addition, the
website was perceived astrustworthy. Participantsreported that
the website improved their confidence to discuss fertility and
family-building topics with others and to manage difficulties
that may arise, while also indicating that they identified with
other people who use the website. Participants reported that the
websitefelt reassuring, helped them gain abetter understanding
of their fertility and family-building options, and encouraged
them to play a more active role in managing their fertility to
align with their family-building goals. All participantsindicated
that they agree or strongly agree with the statements, “the
website encourages me to take actions that could be beneficial
to my health” and “I1 feel more inclined to look after myself
after visiting the website”

Figure 2. WebQual: Measures of website usability. Improvements in website usability were observed from round 1 to round 2 of testing (pre-post
design changes). Average scores across WebQual items are depicted for both rounds of testing. The possible range of scoresis 1 (strongly disagree) to

7 (strongly agree).
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Figure 3. eHealth Impact Questionnaire - Part 2. Improvements were observed across 2 of the 3 domains of the eHIQ-part 2, ng the impact of

using the Roadmap to Parenthood website.
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Qualitative Feedback

Overview

Data from the think-aloud portion of the usability testing
sessions were analyzed to further characterize the usability
issues. Totally, 3 main themes that represent different aspects
of website usability were identified: ease of use, visibility and
navigation, and informational content and usefulness. Table 2
describes the main themes identified across the 2 rounds of
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testing and the content modifications and design solutions that
were implemented after round 1 or are planned to be
implemented in response to round 2 feedback. Consistent with
survey data, we observed differences in qualitative feedback,
suggesting that the initial design problems identified in round
1 werelargely resolved with the modifications that were made.
In contrast, round 2 of testing identified more specific and
nuanced usability problems and patient-driven suggestions for
design changes.

JMIR Cancer 2022 | vol. 8 iss. 2 [e33304 | p.130
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

Table 2. Qualitative themesidentified from usability testing.

Benedict et al

Theme

Definition

Sample quotes

Design changes

Ease of use

Visibility and navigation

Informational content
and usefulness

Describes how easily userscould
use and understand the website

Website workflow: whether the  «
website’'scomponentswerereadily
and easily discoverable (visible)

and whether usersfound it easy to
transition between different parts

of thewebsitein alogical and intu-
itive manner (navigate)

Presentation of informationand
theutility of informational content

“1 like the family building options sec-
tion alot —anice menu showing all the
options and then you can click on the
one you want to learn more about —
sticks out as being very user-friendly”

“...just the presentation of the data. Once
| knew what my options were, | would
want alot of information. But | would
only want to see that about what | was
feeling right then and get the informa-
tion about that onething. Bullet points.”

“1 feel likewhen | go from pageto page,
it flowsrealy well, but | feel likel'm
so deep into it that when | want to go to
adifferent page or the beginning, | don’t
know where to go. The restart is very
helpful. But | do feel likethere'salogi-
cal flow otherwise.

“1 like [the persona worksheet page]
becauseit’sinteractive in away that
what you're reading from the website,
you can use on thisand it'll help you
take the next step.”

“Thisisredly interesting to me — very
applicable to my stage of family build-
ing. | had no idea how expensive it was
going to beto build afamily afterwards.
| felt like everybody said, ‘ oh freeze
your eggs!” but they never said how ex-
pensiveit would be after, and now | feel
pressure having the eggs and having to
take that path.”

“Maybeit’sjust [because] that's some-
thing that's areally big fear for alot of
women, but [the graph of declining
ovarian reserve] isterrifying. | don’t
know that that would be the first thing

| wanted to see if | went here because
that’s where everybody’s mind is going
to go immediately islike, ‘Oh no, what
if this happens? ...It might be scary.”

Attention to health literacy and
reading levels, for example, use
of medical terminology with defi-
nitions

Improved presentation of informa-
tion, for example, better use of
headers and subheaders, font and
color changes, short paragraphs,
white space, and use of drawer
design

Language or word changesto im-
prove relatability

Top navigation bar and drop-
down menus depicting website

pages

Call-to-action buttons

I n-page guidance (signposts) sug-
gesting next steps in the user
journey

Navigation footer (particularly
helpful for mobile phone users)

Reordering of content with careful
consideration of text and images

Changes to highlight important
pieces of information in conjunc-
tion with images or pictures
Improved user journey and naviga
tion guide to connect information
to appropriate follow-up pages
and resources for support (eg, in-
page links and signposts to con-
nect user to resources)

Ease of Use

The ease of use theme describes the degree of ease with which
users can use and understand the website. Round 1 of testing
identified several significant problemsthat affected thewebsite's
ease of use and the overall user experience. Participantsfelt that
the presentation of information was overwhelming in sections
that had long paragraphs of text and on pages that required
excessive scrolling to view the content. Accordingly, for pages
containing large amounts of content, a drawer design was
implemented such that the content was hidden from view and
only made visible if the user clicked on the header (Figure 1),
or the content was divided into separate pages. |n addition, font
sizesand colorswere changed to make the section headers more
noticeable, divide the text more clearly, and use white space

https://cancer.jmir.org/2022/2/e33304/

effectively. Text was divided into short, more digestible
paragraph lengths to aid both readability and comprehension.

Compared with round 1, comments obtained in round 2 were
more specific. Some parti cipants pointed out preferencesaround
syntax that interfered with optimal use of the website,
mentioning specific words or phrases they disliked or found
unclear or suggesting optimizations with the content.

Visibility and Navigation

The visibility and navigation theme focuses on feedback on the
website's  workflow, including whether the website's
components are readily and easily discoverable (visible) and

whether users find it easy to transition between different parts
of the website in alogical and intuitive manner (navigate). In

JMIR Cancer 2022 | vol. 8| iss. 2 [€33304 | p.131
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

round 1, participants had difficulty in navigating through the
website pages (eg, difficulty in finding pages, got lost between
pages, and dead-end pages). The website was designed to
personalize their user journey, allowing them to access rel evant
content based on their needs and where they were in their
family-building time line. This involved an omnichannel user
journey design, similar to choose your own adventure, inwhich
users could follow any number of user pathways specific to
their needs. Initial testing in round 1 revealed errorsin the user
journey flow and a lack of structure in guiding the user
experience, which appeared to be confusing to the user. To
address these issues, navigation bars and call-to-action buttons
were added to help signpost content across website pages and
guide the user journey. Drop-down menus were also added to
the navigation bar to depict multiple pages within the same
section, allowing users to jump to the section they were most
interested in, while maintaining visual cues to easily move to
the other sections as desired. For example, the Next Steps tab
of thetop navigation bar had a drop-down menu including each
page within that section (eg, Ask Your Oncologist, Ask a Fertility
Foecialist, Financial Planning, and Talk to Your Partner). In
addition, callout links were added to help with navigation by
suggesting next pages to visit, thereby providing guidance for
the user journey, while simultaneously providing users the
freedom to bypass the callouts and follow their preferred path
if desired.

The visibility and navigation issues identified in round 1
appeared to be largely resolved in round 2 of testing with the
design changes that were implemented. However, additional
minor problemswere identified, which will be addressed in the
next iteration of the decision aid website.

Informational Content and Usefulness

The informational content and usefulness theme emphasizes
how information is presented on the website and the utility of
informational content to future end users. In round 1 of testing,
some of the most poignant feedback was given in response to
the Understanding Your Fertility page, which provided
information in the form of text and graphs about female
reproductive health and potential effects of cancer treatment on
fertility. A user found the graphs of declining ovarian reserve
with advancing age and impact of cancer treatment “terrifying”
and suggested changing the order of the graph and text to reduce
the emotional impact. We made the suggested changes and
modified the text to more clearly highlight that the data
presented are based on population-level statistics and may not
apply to all women and that users must speak with ahealth care
provider to obtain individualized information about their
reproductive health. The graph was aso edited to soften the
depiction of risks surrounding infertility and appear less
threatening (eg, bold cutoff pointswere changed to gradations).
A few participants also suggested ways to improve the
relatability of the site. For example, a user noted that some
survivors want children but do not identify as “young”;
therefore, the use of this terminology could make the website
feel less relatable. An additional area where users felt content
and usefulness could be improved was the Personal Worksheet
page. A participant suggested that we add more detailed
information on next steps based on the users’ worksheet data.

https://cancer.jmir.org/2022/2/e33304/
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Other suggestions indicated a need for more information on
early menopause, specific questionsto ask afertility specialist,
and more direct links to external resources and organizations
that users could access in the future. Content was edited in
response to each comment that was received.

After we made modifications based on round 1 feedback,
participants of round 2 had suggestions for additional helpful
content focused on financial information, insurance coverage
limitations, finding adoption agencies that work with cancer
survivors, working with surrogate agencies or attorneys,
contacting human resource departments for assistance, and
information about genetic risks.

General Feedback

Finally, the exit interviews provided additional data about
usability and user experiences and included general feedback
about users' likes and dislikes, emotional reflections, and
recommendations. Overall, wereceived positive feedback from
participants about the website. Young adult women reported
that they identified with the website and felt the information
was relevant to their needs:

You understand me as a woman really well. You
understand what kind of information I’d be looking
for.

When asked what they liked best about the website, the most
common answer was the inclusion of stories representing
family-building options, with participants stating that it felt
good to hear peer storieswith which they could identify. Other
sections noted as favorites were those providing information
about talking to one’s partner, questionsto ask one’s oncologist,
the values-clarification exercise, and the resources page.
Participants reported that they liked the breadth of information
and felt it was relevant and accessible. When asked what they
liked the least about the website, consistent with qualitative
themes, participants indicated navigation problems (primarily
inround 1) and other minor design and content issues (eg, small
font size). When asked if anything was missing from the
website, participants indicated a preference for more
photographs and videos and again suggested additional
information topics and resources (eg, app recommendationsfor
period tracking). Participants described the website asa* unique
resource” and “ one-stop-shop tool to learn about fertility options
and to help you make informed decisions.” They indicated that
the information was comprehensive and understandabl e;

For normal people...not too scientific, but for people
like us.

They also discussed the emotional impact of having access to
the decision aid tool:

A really great resource depending on your own
individual situation to make you less overwhelmed
and guide you through the process.

When prompted for final thoughts and impressions, a partici pant
said the following:

Let me know when | can share it with the world
[because] | know a lot of people that would find this
helpful.
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Overadll, this positive feedback was encouraging and suggested
that the decision aid tool would be useful, appealing, and well
received by future end users.

Discussion

Principal Findings

The aim of this study was to evaluate the usability of a
web-based decision aid and planning tool for family building
after cancer, Roadmap to Parenthood, to inform design
modifications and better understand user experience as part of
an iterative, user-centered development process. Website
usability was evaluated quantitatively and qualitatively across
2 rounds of testing, along with some aspects of user experience,
to understand the context and impact of using the decision aid
tool. Average usability scores improved from “acceptable” in
round 1 to “excellent” in round 2 after making design changes
based on user feedback. We identified 3 usability themes that
represented issues related to ease of use, visibility and
navigation, and informational content and usefulness. Thisstudy
isamong the limited number of usability studiesthat evaluated
digital health tools for young adults affected by cancer and, to
the best of our knowledge, the only evidence-based decision
support resource for family building after cancer [21,47].

Website usability improved with modifications based on initial
user feedback, including user perceptions of how easy it wasto
use the website, find information, and navigate through the
website and their perceptions of its content and usefulness.
However, as just a part of the user experience, the broader
context must also be understood. User experience includes the
motivations, emotions, and expectations that users have before
interacting with the technol ogy; end-to-end interaction with the
technology; and reflective emotions and behaviors after use. At
baseline, this sample of young adult cancer survivors had
positive views about using the internet for health-related
problems, including to access information and support for
health-related decision-making. General feedback about the
website was positive, and users reported an intention to use the
decision aid in the future. All participants, across both rounds
of testing, agreed or strongly agreed that they felt more
informed after viewing the website and would consult the
website to make decisions about fertility and family building.
They trusted theinformation on the website and felt understood
by the people who developed it. In open-ended feedback,
participants consistently expressed appreciation that a trusted
resource existed, asthey were otherwise unsure about where to
access this information and decision support. In a systematic
review of web-based oncofertility decision aids and health
education materials, the quality of websites was found to be
variable and, among the decision aids, the content focused
primarily on fertility preservation before cancer treatment
initiation [21]. More generally, public websites providing
cancer-related information have been shown to be largely
incompletein theinformation they provide, with questions about
decision-making being discussed the least [48]. Furthermore,
web-based patient information about cancer survivorship and
fertility preservation has been shown to be written, on average,
at high school senior and junior college levels[49], thusfailing
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to meet health literacy standards [50]. Results suggest that
finding reliable, understandable, and trustworthy information
about family building after cancer may be a difficult task for
young adult female cancer survivors and this decision aid tool
fillsthis critical unmet need.

Unlike most decision aids that are developed for one-time
treatment decisions involving discrete time [20], in this case,
decision making may include an ongoing process of considering
numerous intermediary decisions along the path to family
building, such as considering a reproductive endocrinol ogist
consultation, seeking legal advice, and looking for financial
planning information. Women may also need to reconsider
decisions if their preferred option to achieve parenthood is
unsuccessful, such as considering donated gametes, surrogacy,
or adoption after failed in vitro fertilization attempts or based
on changing prioritiesor partner preferences. Thishasimportant
implications for the use of the website and whether users will
return to the tool as new decision points arise. Future studies
will need to explore longitudinal website engagement and
evaluate whether it meetsthe needs of young adult femal e cancer
survivors who face more complicated paths to family building.
The website was designed for survivors to use individually,
inclusive of both single and partnered women, but exploration
of the involvement of partners in decision-making processes
and the need for resourcesis also critical [51].

Findings also indicated that the Roadmap to Parenthood website
improved self-efficacy in managing health issues related to
fertility. Participants reported that the website encouraged them
to take action to manage their health and made them feel more
prepared to do so. However, thismay not hold truefor all users,
as afew participants reported neutral scores (neither agree nor
disagree) when asked whether they felt confident and prepared
to manage their concerns about family building after cancer
treatment. Thisis consistent with qualitative feedback, in which
a participant felt overwhelmed and distressed by the delivery
of risk information and implications for potential challengesin
family building. We have gathered strong evidence that the
website made users feel moreinformed about their fertility and
family-building options. However, a lingering question is
whether women feel equipped to manage emotions that arise
when facing decision-making tasks and whether they are
prepared to pursue family-building goals. It may be that
dissemination and implementation strategies should include
health care providers, integration with survivorship care visits,
and counseling for immediate added support if needed.

One of the main objectives of the decision aid tool wasto make
users aware of family-building options, including realistic
expectations about potential difficulties, while also inspiring
hope that parenthood may be achieved and that early planning
may help to avoid or mitigate challenges. The delivery of
information about risks and chalenges may naturally be
upsetting. A participant stated that the graphs depicting the
effects of cancer treatment on ovarian reserve was “terrifying.”
However, when asked whether images on the website were
generally distressing, only 10% (1/10) of the participants agreed.
Lim et a [52] noted that website development and eval uation
typically focus on traditional usability aspects (eg, screen layout
and navigation features), whereas the emotional experiences of
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users and, in turn, the ways in which a website supports users
emotions are more likely to be neglected. For websites that
deliver health information that may include distressing news,
even those without personalized data, such as ours, considering
the emotional impact of design features is important. Choe et
al [53] put forth hypotheses for implementing empathic
communication within digital health systems, including
normalization of users emotional experiences (eg, “Many
people feel worried or upset when learning this news...”) and
helping the user to identify clear, actionable steps that can be
taken (eg, “There are things you can do to help reduce your
risk...”). Consistent with these recommendations, we made
design changesto reduce theimpact of the perceived distressing
information. Experiencing negative emotions can a so be useful
when interacting with technology, but the line between hel pful
and harmful emotions may betenuous[54]. It may be necessary
to draw from digital mental health interventions (eg, stress
management, affect regul ation, or mindfulness-based strategies)
toincludein our website to provide additional support [55-58],
while balancing the scope of the intervention. Our findings
indicate that only asubset of users may need additional support
to manage distress, suggesting that a stepped care model may
be appropriate [59].

We have partnered with a website design firm, digital health
researchers, and intervention developers to explore optimal
digital solutions for addressing the lingering usability issues
including users emotional experiences. Future studieswill also
further explore user feedback in a single-arm pilot study [60]
and assess the need for additional content, website design
changes, and intervention components to meet the needs of
young adult female cancer survivors who are concerned about
fertility and family building in posttreatment survivorship.

Benedict et al

Limitations

This study evaluated the usability of a web-based decision aid
and planning tool for young adult female cancer survivors
considering future family building. Although it has been shown
that testing a product with 5 participants can uncover
approximately 80% of a product’s usability issues [37], the
study included a relatively small sample size, and the results
may not be generalizable. Participantswerea so primarily White
and highly educated, and further testing with women from
diverseracial, ethnic, and socioeconomic backgroundsis needed.
Disparities in oncofertility care have been reported based on
age, socioeconomic status, accessto insurance, religiousfactors,
and gender or sexual minority identification [61]. Greater effort
to engage diverse subgroups and use methodologies that lead
to representative samples is needed.

Conclusions

The Roadmap to Parenthood decision aid tool fillsanimportant
resource need for young adult female cancer survivors hoping
to pursue parenthood in the future. The development process
involved apatient-centered approach and an iterative framework
for design modifications based on user experience and feedback.
General feedback about the website was positive. Future studies
will include additional content and design changes to optimize
usability, with a particular focus on the emotional experiences
of users. Wewill also pilot-test adecision aid intervention using
thewebsitein alongitudinal study design[60]. Thiswill extend
the focus of oncofertility research to include survivors' fertility
and family-building experiences after treatment and survivorship
care needs.
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Abstract

Background: Occurring in up to 40% of all patients with cancer, the incidence of brain tumors has caused limited survival, a
high psychosocial burden, and an increase in the loss of decision-making capability for the unique population. Although specific
symptoms depend on the type of brain tumor, aclinical team of physicians, nurses, and other individualscommonly assist patients
and their caregiverswith how to tackle the upcoming challenges of their diagnosis. Despite the support from clinical team members,
many patients and caregivers may still seek outside support through social media to process their emotions and seek comfort
outside of the clinical setting. Specifically, online resources such as Reddit are used where users are provided with the anonymity
they need to show their true behavior without fear of judgment. In this study, we aimed to examine trends from Reddit discussion
threads on brain tumorsto identify areas of need in patient care.

Objective: Our primary aims were to determine the type of Reddit user posting, classify the specific brain tumors that were the
subject of the posts, and examine the content of the original posts.

Methods: We used a qualitative descriptive design to understand patients' and caregivers unmet and met needs. We selected
posts from the top-rated 100 posts from the r/braincancer subreddit from February 2017 to June 2020 to identify common themes
using content analysis.

Results:  The qualitative content analysis revealed how Reddit users primarily used the forum as a method to understand and
process the emotions surrounding a brain tumor diagnosis. Three magjor topic areas from content analysis emerged as prominent
themes, including (1) harnessing hope, (2) moving through the grief process, and (3) expressing gratitude toward other Reddit
users. Most of the authors of the posts were patients with brain tumors (32/88, 36%) who used Reddit as a reflective journaling
tool to process the associated emotions of a challenging diagnosis.

Conclusions: Thisstudy shows the potential of Reddit to serve as a unique group therapy platform for patients affected by brain
tumors. Our results highlight the support provided by the Reddit community members as a unique mechanism to assist cancer
survivors and caregivers with the emotional processing of living with brain tumors. Additionally, the results highlight the
importance of recommending Reddit as atherapeutic virtual community and the need for implementing online resources as a part
of ahealth care professional’s repertoire to understand the level of support they can give their patients.

(JMIR Cancer 2022;8(2):e35324) doi:10.2196/35324
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Introduction

Brain metastases remain the most common intracranial tumors
in adults and can occur in up to 40% of all patients with cancer
[1]. With more than 100 histopathol ogic types of primary central
nervous system tumors [2], glioblastoma remains the most
common malignant brain tumor in adults and continuesto have
a grim prognosis [3]. In comparison to other cancers, the
potential limited overall survival, the higher psychosocial
burden, and the increased likelihood of eventua loss of
decision-making capability make patients with brain tumors a
unique population. The emotional and physical sequalae
following a brain tumor diagnosis can be devastating for
patients, caregivers, family members, and friends. This may
include dealing with difficult emotions such as sadness or anger
and coping with the costs of cancer care with treatments and
visits with the medical team. Patient advocacy groups such as
the National Coalition for Cancer Survivorship have advocated
for the incorporation of more patient-centered communication
throughout the cancer care continuum [4].

The clinical team of neurosurgeons, medical and surgical
oncologists, radiation oncologists, oncology nurses, and other
patient care members guides patients and caregivers throughout
the process. Team members assist patients and caregivers with
what to expect with treatment and how to prepare for upcoming
mental, emotional, and physical challenges. Although specific
symptoms depend on the type of brain tumor, common
challengesinclude weakness and bal ance difficulties along with
changesin memory and even personality. Executive functioning
can often be significantly impaired, and perception of this
decline is often concordant between the patient and caregiver
[5,6]. Even though the team members guide patients and
caregivers through the process of diagnosis through end-of-life
care, patients and caregivers may look for other avenues to
express and ultimately process their emotions to make sense of
the brain tumor diagnosis. However, these other avenues such
asonlineresourcesfor self-management of living with primary
brain cancer have significant gaps in addressing patient and
caregiver needs in the areas of rehabilitation, behavioral
changes, recurrence, and the transition to palliative care [7].

Patients and caregivers may seek out and use social media to
make sense of their illness. These social media platforms can
also capture key attitudes and behaviors that are not aways
reflected intraditional medical surveys[8-11]. The social media
sitesincluding Reddit, Instagram, Twitter, and Facebook allow
users to share stories, solicit advice, make recommendations,
and establish a sense of virtual community. One of these social
media sites (Reddit) provides anonymity that can give users a
sense of comfort where they are allowed to act in accordance
with their natural disposition without fear of judgement [12].
The anonymity combined with virtual storytelling can foster a
real therapeutic relationship for patients and caregivers,
especially for those affected by life-changing disease processes
such as brain tumors [13,14]. In addition to patients and
caregivers, key stakeholders such as physicians, patient
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advocates, patient organizations, and medical researchers use
social mediasitesfor the dissemination of information [15-17].

Though these therapeutic virtual relationships can be beneficial
for patientsand caregivers, health care professionals (HPs) may
also be interested in examining the content of these posts to
determine if any additional clinical support may be needed.
Identifying the category of Reddit user (eg, patient, caregiver,
or friend), type of brain tumor, and type of content within the
posts may provide HPswith additional knowledge on how their
patients are using social media sites like Reddit to potentially
copewith their diagnoses. Thismay help HPs better understand
the potential positive role that socia media plays in their
patients' lives during their cancer treatment experiences and
into palliative care.

Although previous research has drawn information from Reddit
to examine various other diseases [18-20], no studies have
examined Reddit discussion threads on brain tumors. A thorough
content analysis of users posts may contribute to a greater
understanding of how patients and caregivers use Reddit as a
social media platform to discuss and cope with brain tumors.
Additionally, determining the category of Reddit users and types
of brain tumors identified in the posts may add a greater
understanding to specific populations’ needs. Our primary goals
were to determine the type of Reddit user posting, classify the
specific brain tumors that were the subject of the posts, and
examine the content of the original posts.

Methods

Overview

The data were obtained from the top-rated 100 posts of the
subreddit “r/braincancer” from February 2017 to June 2020.
We were able to identify the top-rated posts using the “Top”
and “All-time” selection features that sort the subreddit posts
from the most upvoted post to the least upvoted post. A post
can be upvoted or downvoted by subreddit users as being
relevant or recommended to other users, if other users resonate
with the content made by the original user who made the post,
or to increase visihility of the post to the broader subreddit
community. An upvote means the post contributes to the
conversation in the subreddit, and a downvote means the post
does not contribute [21]. Each user is only granted one vote per
post. Subreddit users can then self-select to see only the
top-rated posts. All posts that were obtained after applying the
filters discussed brain tumorsin avariety of contexts.

We extracted data in the posts including title, text, images,
usernames, and content. All datawas deidentified by removing
usernames and then imported into Word (Microsoft
Corporation), followed by MAXQDA (VERBI GmbH) for
analysis [22]. This software was chosen based on the
endorsement of the home institution where the data analysis
was conducted. Any posts that were not available at the time
of data extraction were not included in the analysis.
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Four authors (SDT, PDP, AVP, and AR) agreed upon and set
codes to categorize users and types of brain tumors a priori to
determine who was posting and which type of brain tumor was
being discussed. Two authors (SDT and PDP) then used open
coding to reveal the themes of the post content. After identifying
the initial list of themes, the two team members met to agree
upon the categories to be used for coding. All team members
met to discuss the naming of the themes, which were
interpretations directly supported by the data. Asafinal stepin
the data analysis, we then sorted the themes into categories
following Yalom’s [23] group psychotherapeutic factors. This
sorting of data was a last step to present the findings in a
cohesive manner that resembled the key therapeutic factorsin
a group setting, and we then applied these factors to a virtual
group community. Any discordant coding was resolved and
reviewed by an expert in qualitative research.

Ethical Consider ations

This study did not meet the criteria for human participant
research review through the University of Arkansasfor Medical
Sciences Institutional Review Board for protocol #27446. The
datawere obtained from apublicly available anonymousonline
forum. Each post included an author’s self-chosen username,
and even though these usernames were anonymous, we
maintained confidentiality by removing usernames prior to
importing the data into the software used for data analysis.

Tripathi et al

Results

Overview

The subreddit “r/braincancer” included a high number of
members (n=1900), and the posts covered topi cs about numerous
aspects of brain cancer from treatment to emotional support.
The content of the original posts ranged from journal-style
storytelling to the sharing of images and uplifting graphics.

Of the top 100 posts, all posts were written by individual users
as unigue cases. Most of the 88 Reddit users (n=58, 66%) who
posted in the “r/braincancer” subreddit werewriting about their
experience with a patient with a brain tumor. Many of the posts
came from users writing about their parent’'s (n=32, 36%),
spouse's (n=9, 10%), or children’s (n=9, 10%) experienceswith
braintumors. A smaller percentage of Reddit userswrote about
their own experiences with brain tumors (n=30, 34%). Only 12
users did not disclose their relationship about who they were
writing about in the subreddit thread (see Table 1).

Almost half (n=47, 47%) of the 100 Reddit users directly
mentioned glioblastoma in their posts. A smaller amount of
Reddit users (n=16, 16%o) identified another primary brain tumor
that included anaplastic astrocytoma, ganglioglioma, and others.
However, more than one-third of Reddit users (n=37, 37%) did
not disclose the type of brain tumor classification or gave an
unclear description that could not be categorized (see Table 2).

Table 1. Categories of users among the top 100 Reddit posts under r/braintumor.

Classification of user

Users (n=88)2 n (%)

Writing about others with brain tumors
Parents

Spouse

Child

Extended family

Writing about self with abrain tumor

58 (66)
32 (36)
9 (10)
9 (10)
1(1)
30 (34)

3Red(dit users did not disclose their category in 12 posts and were omitted from the final percentage count.

Table 2. Brain tumor classification among the top 100 Reddit posts under r/braintumor.

Tumor type Posts, n (%)
Glioblastoma 47 (47)
Unknown 37 (37)
Other primary brain tumor 16 (16)

Qualitative Content Results

Lastly, the content analysis of these posts revealed how Reddit
users primarily used the forum as a method to understand and
process the emotions surrounding a brain tumor diagnosis. Three
major themes within the content emerged: (1) harnessing hope,
(2) appreciating the group, and (3) moving through the grief
process.

Most of the posts of the subreddit “r/braincancer” were written
by others who were witnessing the effects of brain tumors,
specifically glioblastoma, on their loved ones. Our results are
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reasonable given that amgjority of content that was posted was
an in-depth storytelling experiencein the treatment of the onset
of abrain tumor with much less content focused on the end of
life. Most of the Reddit users posted within a relatively short
time, asthe userswere experiencing these eventsfirsthand. One
anonymous user wrote about their son, “At 4:44 this morning
he took his last breath. He was at home with hiswife and | by
hisside” Other users allowed for some time to process before
posting on Reddit. One user posted on Reddit about a week
after receiving the news of their mother’s diagnosis and wrote:
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They said there is no treatment they can offer us and
she probably only has weeks to live. | am absolutely
devastated and don't even know how to begin
processing this.
The posting and real-life experiences occurred amost
simultaneously, and the content topicsrevealed similar patterns
of congruence following three magjor themes: (1) harnessing
hope, (2) appreciating the group, and (3) moving through the
grief process.

First, many of the Reddit userswrote encouraging wordsin the
effort to harness hope for each other, and thereby, for
themselves. The posts were generaly written with an
introductory description of their disease process, most notably
by Reddit users who were also patients. Reddit users shared
their own stories and acknowledged the severity of the disease.
After thisdisclosure, many Reddit usersthen encouraged others
in the forum. One user posted about their own diagnosis and
then offered a suggestion to uplift others. They said:

Ever since being diagnosed with GBM Grade IV
several months ago, | have gone through things |
never imagined before the age of 24...But through all
of it | have wanted to help other cancer patients by
spreading what (little) | have learned about the whole
process.

The user then described how making “silly” videos was
therapeutic and ended the post by writing:

I know | am not the first person to do this, but | love
making videos and being silly! So hopefully me putting
up content about my surgery or mental health can
help someone or someone you care about..Say
strong!

Other users went on to directly address the emotional sequalae
of the brain tumor diagnosis and were direct in their
encouragement to commend othersto take hold of and harness
their hope. A user who was diagnosed with anaplastic
astrocytoma wrote:

So, if you're lost and feeling hopeless? Don't be. It's
gonna be a long...journey filled with anxiety, scare
or even depression. Therewill be tough days, but you
gottanot let it bring you down every day you are alive
after going through so much just to live.

Lastly, avast mgjority of usersconcluded their posts by offering
to be someone's “listening ear” or to offer any support. One
user who was 8 monthsfrom hisdiagnosiswrote “Keep fighting,
everyone. If anyone has questions about my experience, I'm an
open book.” These messages of resiliency remind other users
to harness hope and move forward with bravery. The messages
arearea-world account of lived experiencesthat areinterwoven
with the Reddit user’s own meanings of these experiences. This
provides other users with applicable, comforting, and realistic
messagestailored for aunique subgroup of apopulation dealing
with brain tumor diagnoses.

Second, many of the Reddit users shared their appreciation for
the group, which was most common among friends, caregivers,
and siblings. Reddit users were thankful for the virtual support
offered through the forum. After one user’s husband received
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a diagnosis of medulloblastoma, she was crippled by the
prognosis and used Reddit to share and process her emotions.
She candidly expressed her appreciation for the group by
writing:

This subreddit, silly as it sounds, has been a God
send...Even if no one reads this | want to thank you
all for sharing here. | was alone and stunned sitting
in my garage and not knowing what to do and you all
gave me such insight and hope.

Another user wrote about their mother’s glioblastomadiagnosis
and found comfort in the group setting. They wrote:

thank you so much to those kind soulswho commented
on here. | was feeling so alone and so overwhelmed
and it honestly helped reading these.

In other cases, users were patients and expressed gratitude for
the group while going through treatment. One man who was
recently diagnosed with abrain tumor in his mid-20s described
his clinical journey and concluded with:

So maybe I've been way off topic, but | really wanted
to share my story. It'sjust really nice to talk about it.
| rarely talk about this and have never shared my
story on Reddit.

The supportive, nurturing environment of Reddit was
acknowledged among both friends, caregivers, and family
members as well as patients. Most of the users expressed their
appreciation of the group with deep sincerity.

Third, several Reddit users (friends, caregivers, family members,
etc) described their overwhel ming emotions and the associated
grappling as they moved through the grief process around their
loved ones as explained by Kiibler-Ross [24]. The content of
these posts showed almost an equal representation of anger,
depression (written by avariety of users), and acceptance, which
was written exclusively by friends, caregivers, and family
members. Little was mentioned surrounding denial or
bargaining. One user posted about his wife who recently was
diagnosed with glioblastoma. Hisanger was palpable. He wrote,
“1 want to punch someone. | want to break the terrariums and
burn the wedding presents.” In the same post he went on to
write:

| love her so much. How do you go on when your
world crumbles? How do you eat? How do you focus
on anything that even resembles the future? | hate
the universe.

One woman wrote about her husband's recent diagnosis and
disclosed her painful realization about his prognosis and the
associated depression. She said:

Knowing we'll never makethat (anniversary)...It feels
like all my hopes and dreams have shattered into a
million pieces.
A son wrote about his father's recent death and shared his
depression:;

| find myself extremely sad in waves. I'mok for alittle
bit, but then think of something and | just cry. I'mnot
sureif that will go away.
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Additionally, a patient with glioblastoma wrote about his
depression as he moved through his own grief processand said:

..All 1 ever hear in my daily lifeis how good | 100k,

or how inspiring | am. That couldn't be farther from

thetruth. | ama broken man just trying to do theright

things.
Lastly, the voices of the Reddit users shifted to exclusively
friends, caregivers, and family members as they wrote about
the acceptance after aloved ones' death. One user wrote about
their father's death from glioblastoma resembling some
acceptance and said, “1 am sad, we are all sad, but | am happy
too, because he won't suffer through pointless treatment. Heis
free” Another Reddit user posted about their father’s death and
said:

I missmy dad a ton already, but we know that at least

he got to see both his kids grown and married and

had a good several years of retirement and travel

with my momto enjoy before he got sick.

Discussion

Principal Findings
In most of these posts, the users describe their emotional
movement through the grief process with no expectation of a
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reply or comment from others. The posts, in turn, become a
living therapeutic tool to help Reddit users process and heal
from the emotional turmoil associated with brain tumors.

Overall, thethree themesin the subreddit “r/braincancer” mirror
the unique group psychotherapy process. Much of the content
is aligned with Yalom’s [23] 11 therapeutic factors used in
group psychotherapy, namely, install ation of hope, universality,
imparting information, altruism, group cohesiveness, catharsis,
and existential factors. In the Reddit forum, users harnessed
hope for themselves and others (Yalom's [23] ingtillation of
hope), and in this sharing, the users helped othersto realize they
are not alone in their journey (universality) with a brain tumor
diagnosis. Additionally, users harnessed hope by offering advice
and support to others (imparting information) thus creating
therapeutic bonds within the forum members. Reddit usersalso
were encouraging to one another (altruism) asthey shared their
appreciation for the group. This anonymous online forum
created an overall feeling of acceptance and belonging (group
cohesiveness) between members. Finally, Reddit users moved
through the grief process where they shared their anger,
depression, and acceptance (catharsis and existential factors;
see Table 3).
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Table 3. Overview of therapeutic factors and quotes in the top 100 Reddit posts under r/braintumor.

Yaom's[23] thera

peutic factors® Definition Quotes Themes

Instillation of hope Sharing good news, encour-

Universality

Impartinginforma-

tion

Altruism

Group cohesive-
ness

Catharsis

Existential factors

aging others, fostering hope

Validating others' experi-
ences, helping membersreal -
ize they are not alone

Formally sharing knowl-
edge, resources, ideas, ad-
vice

Members finding meaning
and valuein listening and
sharing in group

Members feel gratitude for
group; have asense of accep-
tance, belonging

Emotional release and pro-
motes healing by sharingin-
formation to group

Finding meaning through
loss; life will continue on
with pain, death, sadness,
regret, joy

“So hopefully me putting up content [humorous videos] about my
surgery or mental health can help someone or someone you care
about...Stay strong!”

“I've been struggling since the right side of my body went numb with
my cognitive challenges but, we should stand strong. We are survivors
until the day we die.”

“Cancer is definitely adark thing in our world and it's easy to drown
in the misery that comes with it, but | would advise anyone going
through thisto ‘find their light’ in the situation and focus on that.”
“Therewill betough days, but you gottanot let it bring you down every
day you are alive after going through so much just to live”

“Thank you so much to those kind souls who commented on here. |
was feeling so alone and so overwhelmed and it honestly helped
reading these.”

“There are lots of support resources out there...you are not alone!”

“But through all of it | have wanted to help other cancer patients by
spreading what (little) | have learned about the whole process.”

“1f you have any questionsor just want to talk, please PM me. Anything
| can do to help. | love you al so much.”

“...Get hospiceinvolved early, you will need supplies, medicine, advice
and help they can provide when you're lost.”

“Thank you so much to those kind souls who commented on here. |
was feeling so alone and so overwhelmed and it honestly helped
reading these.”

“Hello everybody...Thank you to everyone who has offered their
company, thoughts, and prayers with my SO [significant other] and
|7

“1 was alone and stunned sitting in my garage and not knowing what
to do and you all gave me such insight and hope”

“1 can't tell you how AMAZING each and every one of you are.”
“This brain cancer stuff isreally scary, and | just really appreciate the
support of this group.”

“1 thank everyonefor their support and comforting words over the past
year.”

“1 want to punch someone. | want to break the terrariums and burn the
wedding presents”

“1 hate that she hasto go through this. | hate brain cancer. Just needed
to rant for a second.”

“1 hate how glioblastoma takes away the person little by little”

“1 am sad, we are all sad, but | am happy too, because he won't suffer
through pointless treatment. He is free.”

“Taking the opportunity to reach out to those who have recently lost
someone to this horrible disease and letting you know that day by day,
things do get easier.”

Harnessing hope

Harnessing hope

Harnessing hope

Appreciation of the
group

Appreciation of the
group

Moving through the
grief process

Moving through the
grief process

@0nly seven of Yalom’s[23] therapeutic factors were applicable.

Clinical Application and Comparison With Prior Work

The utility of social media platforms in brain tumor treatment
and the associated outcome of palliative care continueto expand
[25]. Our study is the first of its kind to evaluate the content
within the public forum of Reddit. While our data did not
necessarily reflect the transition to palliative care, this is a
frequent progression for many patients with brain tumors,
especially glioblastoma (almost half of our participants; see
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Table 2). As aresult, HPs may want to consider assessing and
treating associated symptoms, asthese patients have high levels
of anxiety, depression, and cognitive symptoms especially in
transitioning to palliative care [26]. Additionally, psychological
stress can aso be a significant factor in the quality of
survivorship in patients with brain tumors [27]. Other stresses
included financial burden and workforce morbidity. These
stressors affect patients from various sociodemographic
backgrounds [28-30]. Rising out-of-pocket spending and drug
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costs increase the financial burden on patients [31]. One study
showed that 40% to 80% of patients undergoing cancer treatment
stop working [32], while other studies document that patients
miss up to 6 months before returning to the workforce [33].
Online public anonymous forums such as Reddit may not
necessarily offset the financial burden but may provide a way
for patients to share their experiences or offer resources of
additional financial support. All these factors are considerations
in survivorship planning, and the Society for Neuro-Oncology
Guidelines Committee has a recommended survivorship care
plan for adult patients with brain tumors [4]. HPs may want to
integrate social media or online, public, anonymous forums
such as Reddit asatherapeutic tool into personalized care plans
for caregivers astheir loved ones enter into palliative care. HPs
should consider telling patients and caregivers that, while such
online forums can be virtual therapeutic spaces, patients and
caregivers should still take precautionsto safeguard against any
unwanted spam or harmful posts (aswith all onlineinteractions).
The moderation policies of this particular subreddit follow the
eight guidelines listed for all of the Reddit communities, and
moderators have the ability to ban any users who harass, bully,
or promote violence [34].

Limitations

While our analysis was unique in that we examined the content
thread of the subreddit “r/braincancer,” our study was not
without limitations. Our analysis only included the content of
theorigina post. We attempted to set limitsfor our dataanalysis
by focusing only on the original post. As a result, we did not
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include commentsin our dataanalysis, and we may have missed
more content and dynamic interactionswithin thisvirtual group
setting. Our sample only included the top 100 upvoted (or
recommended) posts, and these posts may not have been afull
representation of the subreddit user experiences. Additionally,
our data collection represents a point in time. Other posts may
appear after data collection, asthe subreddit posts are constantly
evolving due to participant interactions. Additionally, the
demographics of Reddit users skew towards young males[35],
which might not reflect most patients and caregivers affected
by brain tumors.

Researchers may want to consider analyzing all of the comments
in the subreddit threads to better understand the group therapy
processes within anonymous online forums such as Reddit.
Additional qualitative analysis using the “best” filter may be
another way to determine the interaction between participants.
The “best” filter is an algorithm that adds weight to the quality
of the vote based on the length of time the comment was posted.
Using this feature may reveal additional posts to add another
layer of richness to the data.

Conclusions

The results of this study show the unique group therapy
processes on a virtual platform for those affected by brain
tumors. HPs may want to consider providing supportive online
resources for their patients and caregivers. The various themes
we identified in our sample are suggestions of topics that HPs
may want to consider addressing to provide more tailored
treatment planning.
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Abstract

Background: Primary care plays an important role in supporting survivors of cancer; however, support is limited because of
practitioners’ perceived lack of expertise and time. A digital intervention for survivors of cancer could provide an efficient way
for primary care staff to support survivors of cancer without the need to accumulate expertise and skills to help patients make
behavior changes; providing very brief support alongside this could maximize adherence to digital interventions. Renewed is a
digital intervention that combines web-based behavior change advice with brief health care practitioner support from a nurse or
health care assistant. Knowledge about the views and experiences of primary care staff providing support alongside a digital
intervention for survivors of cancer is sparse, limiting the understanding of the acceptability and feasibility of this type of
intervention.

Objective:  This study aims to explore supporters experiences of providing support to survivors of cancer using Renewed,
understand potential barriers to and facilitators of the implementation of Renewed in practice, and investigate the strengths and
weaknesses of the intervention from the perspective of health care professionals.

Methods: Thiswas a qualitative process evaluation nested within alarge trial evaluating Renewed. A total of 28 semistructured
telephoneinterviews were conducted with nurses and health care assistants. Datawere analyzed using inductive thematic analysis.

Results: Four themes were developed during the analysis, which reflected the factors that supporters identified as hindering or
enabling them to provide support alongside Renewed Online: Renewed Online as an acceptable digital tool with someimprovements,
confidence in enacting the supporter role, practicalities of delivering support alongside a digital intervention, and managing a
patient-led approach. The analysis suggests that supporters perceived that a digital intervention such as Renewed would be
beneficial in supporting survivorsof cancer in primary care and fit within current practices. However, barriersto providing support
alongside the intervention were also identified, including concerns about how to facilitate rapport building and, in a minority,
concerns about using a nondirective approach, in which most advice and support is provided through digital interventions, with
brief additional support provided by primary care staff.
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Conclusions: These findings add to the literature on how best to provide support alongside digital interventions, suggesting
that although most practitioners cope well with a nondirective approach, a minority requires more training to feel confident in
implementing this. This study suggests that the barriers to providing formal support to survivors of cancer in primary care could
be successfully overcome with an approach such as Renewed, where a digital intervention provides most of the support and
expertise, and health care practitioners provide additional brief human support to maximize engagement. Strategies to maximize

the chances of successful implementation for thistype of intervention are also discussed.

(JMIR Cancer 2022;8(2):€36364) doi:10.2196/36364

KEYWORDS

process evaluation; digital intervention; primary care; health care professional; web-based; quality of life; posttreatment; oncology

Introduction

Background

In 2018, the total number of people alive within 5 years of a
cancer diagnosis was estimated to be 43.8 million worldwide
[1]. Currently, there are 2.5 million survivors in the United
Kingdom, which is estimated to increase to 4 million by 2030
[2]. However, up to 86% of people who complete cancer
treatment in the United Kingdom, Australia, and the United
States experience enduring side effects [3-5], including fear of
cancer recurrence, anxiety, depression, fatigue, and weight gain,
contributing to a reduced quality of life (QoL) [4].

The rising cancer burden places a strain on health systems
worldwide [6]. Hedth care professionals (HCPs) based in
primary care are central to providing support for people who
have had cancer after completion of their primary treatment (eg,
chemotherapy). However, these services are becoming
overstretched and are increasingly unable to meet the needs of
survivors of cancer [7]. For instance, survivors of cancer have
expressed a need for more support with the emotional effects
of cancer and issues such as fatigue that can occur months or
years after treatment [8]. Primary care staff describe a lack of
clear guidance on how survivors of cancer should be supported
[9]. Patients and oncologists have expressed concerns that
primary care staff are not experts, and their busy workloadslead
to deficiencies in the continuity of care [8,9], meaning that
survivors of cancer may not receive access to appropriate
support with their ongoing symptoms after cancer treatment.
Therefore, there is a need for clearer, more effective, and
cost-efficient means of providing support. Digital interventions,
such as websites or mobile apps, offer the potentia to help
survivors of cancer improve their QoL [10]. The addition of
brief human support can boost engagement with digital
interventions[11,12]. Digital interventions combined with brief
support from primary care staff may facilitate improved QoL
after cancer treatment. It may provide efficient and low-cost
models for delivering support without the need to accumulate
expertise in the skills and knowledge needed to help patients
make the behavioral changes needed to increase their QoL.
However, the acceptability and feasibility of implementing
digital interventions among survivors of cancer in primary care
is still to be determined. An important aspect of this involves
understanding the capability of HCPs to deliver brief support
along with digital interventions.

Renewed [13-16] isacomplex intervention designed to improve
the QoL of survivorsof cancer. It combinesadigita intervention

https://cancer.jmir.org/2022/2/e36364

focused on changing key behaviors that can improve the QoL
of survivors of cancer with brief support from anurse or health
care assi stant to maximize engagement. Renewed was designed
for implementation in primary carewithin the United Kingdom's
National Health Service (NHS). Renewed is currently being
tested in arandomized controlled trial (RCT) to determine its
effectiveness and cost-effectiveness. In addition to determining
the effectiveness and cost-effectiveness of an RCT, itiscritical
to examine whether an intervention might beimplemented well
in practice. Understanding barriers to and facilitators of
implementation could help optimize the implementation of
Renewed Online and also provide helpful insights for others
developing digital interventions that include human support.

Objectives

National guidance recommends conducting process eval uations
to identify how new interventions are implemented in practice,
the likely mechanisms through which they might produce an
effect, or factorsin the health care environment that might stop
an intervention from producing an effect [ 17]. This paper reports
a process study exploring HCPs' perceptions of Renewed.
Although the RCT of Renewed [13] isongoing, as recommended
by the Medical Research Council guidelines, qualitative process
data are reported here before obtaining knowledge of the RCT
outcomesto avoid biased interpretation [17]. This process study
has been used to explore potential barriersto and facilitators of
implementing Renewed in primary care and evaluate the
acceptability of providing this type of support, which might
contribute to the success (or not) of the intervention.
Specifically, this study aims to explore (1) supporters
experiences of providing support to patients using the Renewed
Onlinedigital intervention (from hereon referred to as Renewed
Online) and (2) barriers to and enablers of the successful
implementation of Renewed Online in practice.

Methods

Study Design

The study design entailed a qualitative process evaluation of
the Renewed intervention, which explored HCPs' perceptions
of delivering support alongside Renewed Online. The COREQ
(Consolidated criteria for Reporting Qualitative studies)
checklist [18] guided the reporting (Multimedia Appendix 1
[18]). Participantsin the RCT wererandomized to (1) Renewed
Online, (2) Renewed Online with brief human (HCP) support,
or (3) usual care. For full details of the Renewed RCT, see the
study by Krusche et al [13]. Briefly, survivors of cancer in the
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Renewed RCT (n=2712) had completed treatment for colon
cancer (432/2712, 15.93%), breast cancer (1216/2712, 44.84%),
or prostate cancer (864/2712, 31.86%). Mean years since the
completion of treatment was 4 (SD 3.1) years;, mean age was
64.5 (SD 10.9) years, and mean baseline QoL score was 72.4
(SD 11.9; as defined by scores <85 on the European
Organization for Research and Treatment of Cancer measure
(19D).

Ethics Approval

Ethical approval was granted by the University of Southampton
(ERGO reference 31000.A8) and National Health Service
(reference 18/NW/0013) ethics committees.

Smith et al

The Renewed I ntervention

Overview

Renewed comprises a component website, Renewed Online,
and brief HCP support. Renewed Online comprises an
introductory session that provides an overview of what to expect
from Renewed, brief advice on how to treat symptoms, and
tailored recommendations about which components of the
program would be most helpful based on the users’ responses
to the European Organization for Research and Treatment of
Cancer measure [19]. Users can then choose to use Getting
Active (support for increasing physical activity), Eat for Health
(support with healthy eating), POWeR (an evidence-based
weight loss program [11,20-23]), or Healthy Paths (support
with reducing stress or difficult feelings[24]). A full description
of Renewed Onlineis provided in Figure 1 [13], incorporating
the TiDIER (Template for Intervention Description and
Replication) guidelines (Multimedia Appendix 2) [25].

Figure 1. Renewed Online intervention (reproduced with permission from Krusche et a [13]).
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HCP support was designed to boost adherence to both using the
website and engaging with offline behavior changes (eg,
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human support group were able to access support sessions
provided by an HCP, delivered using the congratulate, ask,
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reassure, and encourage (CARE) approach [26]. CARE isbased
on the self-determination theory and aims to facilitate an
autonomy-supportive relationship that promotes feelings of
autonomy, competence, and relatedness [21], thus building
internal motivation for change [27]. CARE was designed to be
easy to deliver and fit within HCPS' busy schedules, without
practitioners needing to become expertsin aparticular condition
or way of treating that condition asthismore detailed behavioral
support was instead provided by the website.

Supporters were practice nurses, practice-based health care
assistants, or clinical research nurses who were part of a
comprehensive research network outside of general practitioner
(GP) practices, amodel representing delivery of care similar to
that provided by private companies supporting digital

Textbox 1. Supporter training key messages.

Smith et al

interventionsin the NHS, who tend to provide phone rather than
in-person support and do not have accessto patient records[28].
At the start of the study, supporters completed brief 15- to
20-minute web-based training outlining the study procedures
and how to provide support to patients using the CARE
approach. Before the sessions, the supporters were asked to
send emails to patients 2 and 4 weeks after the patients began
the study. Friendly email templates were provided, which were
framed around the CARE approach, asking how patients were
getting on and encouraging them to get in touch for a support
session if they wished. Support sessions of 10 minutes were
offered 2, 4, and 8 weeks after the patients had begun the study
via telephone, email, or face to face. Textbox 1 shows a brief
summary of the key messages from supporter training on how
to provide support.

Tipsfor providing support
« Bewarmand friendly
«  Praise any achievements

« Listen and show understanding

When sessions should take place

o 2,4, and 8 weeks after the patient signs up for Renewed

« Logall emails and appointments on the support log

If a patient does not contact for support

«  Send an encouraging email

If you find it hard to talk to the patient for only 10 minutes

to hear how you're getting on with Renewed.”

If the patient asksfor advice

Brief summary of the guidance given to supporterson how to provide support

Usethe congratulate, ask, reassure, encourage approach with patients during support sessions

«  Congratulate the patient; for example, “That's great that you want to get more active”

« Ask the patient; for example, “Have you decided to make any of the changes that Renewed suggested might be helpful 7’
« Reassure the patient; for example, “ Yes, doing more physical activity is safe and should help you to feel better.”

«  Encourage the patient; for example, “Keep going with that as it should start to help you to feel better soon.”

« Send an encouraging email at 2 and 4 weeks using the supporter website; editable prewritten email templates are available

.  Start the session by saying, “Nice to speak to you today. Thisis just a short appointment, we have around 10 minutes to talk. It would be great

« Inthelast few minutes, say, “\We are coming to towards the end of our time, is there anything else that you wanted to discuss quickly today?’

o  Letthe patient know that the session is about to end; say, “Thank you for your time, it's been nice to chat with you”

o Ask them what they think would work best for them or what they think would be best to do.
. Itisokay to ask, “what does the website say to do in that situation?’

« If thepatient is concerned about whether making a change is safe, you can reassure them that everything recommended on Renewed is safe.

Sampling and Recruitment

Supporterswere identified for interviews through the Renewed
supporter database and the study team'’s records of HCPs
providing support as part of the RCT. Emails or phone calls
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were used to invite supporters to participate in a telephone
interview about their experience of supporting patients using
Renewed Online. In the early stages of recruitment, supporters
were sampled purposively based on their job roles (practice
nurse, practice-based health care assistant, or clinical research
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nurse); however, recruited supporters often had not undertaken
any support sessions or only supported 1 patient. Supporters
werethen purposively sampled based on the number of patients
they had supported to ensure the inclusion of those who had
supported multiple patients to explore any variation in their
experiences. Supporters were provided with a participant
information sheet and asked to confirm their informed consent
on the web after consideration.

Procedure

Interviews were conducted between September 2019 and
January 2020, each lasting approximately 15 to 30 minutes,
with a median of 21 minutes. A total of 2 (JS and JSB)
researchers conducted theinterviews. A semistructured interview
schedule was developed by a qualitative researcher (JS) and
experienced health psychologist (KB). The interview schedule
explored supporters’ experiences of providing support along
with thedigital intervention, perceptions of web-based supporter
training, experiences of support appointments, perceptions of
the CARE approach, and supporters’ perceptions of the Renewed
program.

Data Analysis

All interviews were audio recorded, transcribed verbatim, and
then imported into NVivo 12 (QSR International) [29]. An
inductive thematic analysis was performed based on aspects
from the 6-step framework of Braun and Clark [30] and Joffe
and Yardley [31]. JS familiarized herself with the data before
coding the interviews. A coding manual was created and
continually updated to reflect the ongoing analysis. The
identification and validation of the developing themes were
achieved through an iterative dataanalysis process with frequent
discussions with KB, RE, and AR. Deviant cases were
considered to ensure that minority views were not overlooked
[32]. Anaudit trail and reflectivelog were completed to maintain
rigor during the analysis. Constant comparison (atechniquein
which each interpretation and finding is compared with existing
findings as it develops from data analysis [33]) was used to
examine potential similarities or differences in the reported
experiences of different types of supporters[34].

Results

Participant Characteristics

A total of 108 supporters were invited to participate in the
interview, of whom 56 (51.9%) did not reply to invitations, 21
(19.4%) could not be interviewed as they had not undertaken
any support sessions, 2 (1.9%) did not have thetimeto take part
in an interview, and 1 (0.9%) could not accurately recall
supporting patients. The fina sample included 28 HCPs
comprising 16 (57%) practice nurses, 6 (21%) clinical research
nurses, and 6 practice-based health care assistants (21%) who
provided support for patients at 45 GP practicesin total. Almost
all participants were female (27/28, 96%).

Themes

Overview

A total of 4 themes were developed that provided insights into
supporters’ experiences of providing support along with digital
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interventions and factors that hindered or enabled them to
support patients as intended. The themes were (1) Renewed
Online as an acceptable digital tool with some improvements,
(2) confidence in enacting the supporter role, (3) practicalities
of delivering support alongside a digital intervention, and (4)
managing a patient-led approach. Each themeisoutlined in the
following sections, including representative quotesto illustrate
key points. Participants are referred to by their identification
number, role, and the number of patients they supported.

Renewed Online as an Acceptable Digital Tool With
Some | mprovements

Overal, supporters perceived Renewed as consistent with current
practice, with the increasing use of web-based interventions.
They could see how adigital tool such as Renewed Onlinewould
be useful for patients, especialy asit allowed patients to work
through rehabilitation at their own pace:

They're [GPs] signposting patients to online
resources all the time more and more at the
moment...So this[ Renewed Onling] isa similar thing.
So | could see that it would be beneficial and would
fitin. [Participant 10, practice nurse, 2 patients]

Email support was also generally acceptable to supporters.
However, afew worried that patients were not receiving emails
from the supporter website; hence, they preferred to use their
own email to contact patients.

A minority of supporters reported that their patients described
the content of the information on the Renewed Online website
as generic, not personal, and failing to provide anything new.
These patients chose not to be part of the program:

He felt that the website was very generic and wasn't
personal to him. Hewaslike, “ | already know all of
that” hefelt that it couldn’t offer him any support at
all...I couldn't then offer him any support with
anything because he didn’t want it. He said, “ If you
could give me advice on specific areas’ which
obviously we couldn’'t do. [Participant 23, practice
nurse, 1 patient]

Approximately 7% (2/28) of supporters raised concerns over
the timing of providing Renewed Online. They suggested that
it wasimportant for Renewed to be introduced to patients when
they first finish treatment and support from the hospital ends.
At that point, they felt that Renewed Online could better support
them and be more of a teachable moment before patients form
their own habits for managing side effects or returning to old
ones:

What would be brilliant, would be to get it in...very
soon after they've finished their final
treatment...because that's when they're perhaps the
most vulnerable...giving them a tool where they can
work out what's gonna benefit them in their life at
that point. | think two, three years down the line,
however they’ ve got there, they’ ve got there on their
own without that [Renewed] kind of support.
[Participant 15, practice nurse, 4 patients)
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Confidencein Enacting the Supporter Role

Supporters received web-based training at the start of the study
on how to provide support aongside digital interventions
(Textbox 1). This explained how to use the CARE approach to
support patients engagement with Renewed Online and
emphasized that the supporter did not need to be an expert in
cancer. Most supporters reported that the length of training was
adequate and provided clarity on what was needed for therole:

It was thorough, it explained everything really well

| wasn't left with any questions. It was clear and easy

to follow. [Participant 13, clinical research nurse, 1

patient]
Some supporters possessed prior experience in cancer care and
expressed confidence in their role supporting Renewed Online.
Although not previously experienced in this area, others till
expressed confidence but reported that this had grown as they
gained experiencein delivering theintervention. Although there
appeared to be little substantive differences in the experiences
of HCPs who supported multiple patients compared with 1
patient, the associated greater frequency of delivering support
appeared to allow HCPs more opportunitiesto build confidence:

The more you do the calls, or the email
correspondence...the much easier | feel it's become.
[Participant 1, clinical research nurse, 3 patients]

On the other hand, deviant case analysis highlighted that 33%
(2/6) of health care assistants were the only supportersto report
an initial lack of confidence based on preheld perceptions that
they were unqualified for the supporter role. The first
(participant 5, 2 patients) reported that the training did not
prepare her for the role, expressing alack of understanding of
how to provide support and wanting to receive practical
demonstrations of someone providing support. The second
doubted her suitability for the role, initially being concerned
that shewas not an expert in cancer. However, these perceptions
changed, and their confidence appeared to grow when actually
delivering sessions, demonstrating that their initial concerns
were perhaps unwarranted:

| felt like a bit of a fraud at the beginning, thinking

aml| really qualified to do this, | feel likethe patient’s

phoning me up thinking I’ m some sort of expert, but

it wasn't like that at all. [Participant 17, health care

assistant, 2 patients]
Differencesin where the supporters were based (either practice
based or remotein the case of clinical research nurses) appeared
important to their experiences in supporting patients. In
particular, a few clinical research nurses felt disadvantaged
based on the assumption that practice staff were probably more
familiar with patients. They felt that thiswould facilitate rapport
with patients and improve the quality of the support sessions:

It [Supporter role] would need to be somebody from
the practice actually doing it who has access to their
medical notes...just so that you' re aware when you're
listening to them, so you know what they're going
through rather than being completely blind.
[Participant 8, clinical research nurse, 3 patients]
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Practicalities of Delivering Support Alongside a Digital
I ntervention

Reflected in this theme is an exploration of the logistical
problems supporters faced while delivering support to patients
using Renewed Online.

Most of the current sample expressed difficulty in conducting
sessions in the recommended 10 minutes, often reporting
sessions of approximately 15 minutes. Sessions lasted >10
minutes for various reported reasons, including allowing time
for introductions, the perception that patients felt lonely and
werelonging for someoneto talk to, and not wanting the patient
to feel rushed. In particular, the primary care staff expressed
guilt about potentially rushing patients, considering that they
had made an effort to comein for sessions. A clinical research
nurse expressed difficulty in managing the 10-minute sessions
as she was not used to working within thistime limit:

I'd given myself longer than what was suggested
because | knew from experience that if somebody is
opening up to you about how they’ re feeling the worst
possible thing that you can do is run out of time and
have to end it. [Participant 24, practice nurse, 2
patients]
A few supporters expressed a preference for lengthening
ons, particularly thefirst, to alow more timeto get to know
the patients and address any initial concerns. Relatedly, some
clinical research nurses reported finding it challenging to build
rapport with patients during the brief support sessions:

The appointment seemed very short. Especially on
your initial one. | think your initial appointment
should be twenty. So you can get to know the patient
a bit before you bang straight into the CARE
approach. Otherwise there's no real time to even
introduce myself, introduce themselves. [Participant
23, practice nurse, 1 patient]

HCPs viewed both face-to-face and telephone support as
acceptable but with different benefits. Face-to-face sessions
allowed them to read the patients body language, whereas
phone support was better for patients who may have difficulty
in coming into a GP surgery because of travel disruptions,
weather conditions, and location. In addition, phone sessions
provided greater flexibility to supportersasit was easier to slot
into their schedules:

That [phone sessions] works really well for me
because it means that | can support patients when
I'm not in the office..that’'s given me a greater
flexibility with the patients. [Participant 2, clinical
research nurse, 5 patients]
Furthermore, phone onsreportedly hel ped some supporters
manage the length of sessions by preventing them from
performing health care checks unrelated to Renewed. Supporters
also expressed less guilt of having patients make the journey
into practice.

Managing a Patient-Led Approach

Reflected in this theme were supporters perceptions and
experiences of using a patient-led approach and what they saw
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as helpful and found difficult. In this context, a patient-led
approach refers to one in which an autonomy-supportive
relationship was facilitated using CARE to support the digital
intervention rather than giving advice, which was instead
provided through the digital intervention. Most supporters
reported that they liked the CARE approach and believed that
it provided a useful prompt and session guide:

| liked that idea [ CARE approach]. | thought that was
really well planned and it’s easy to remember...a good
thing to just prompt you. [Participant 26, practice
nurse, 1 patient]
During sessions, patients would often discuss their behavior
change goals and progress. Supporters expressed that it was
initially achallenge not to give direct advice to patients during
sessions. However, this reportedly became easier as they
delivered more appointments. One of the supporters expressed
that it was nice to see patients who were actively interested in
improving their health:

It was refreshing to see them wanting to make life
changes themselves rather than making lifestyle
changes because they’ d been advised to by aclinician.
[Participant 24, practice nurse, 2 patients)

In addition, some supporters expressed that not giving direct
advice was apositive change and wel comed patients being more
involved in their care:

It's all about them giving us the answers as opposed
to the other way round, which I’'m all for. | think
that’s better. [Participant 23, practice nurse, 1 patient]

A few supporters’ experiences portrayed alack of understanding
of the CARE approach and how to implement it, which caused
some difficulty in delivering support alongside the digital
intervention. For example, one of the supporters found it
challenging to implement this approach when the patients went
off on atangent. She believed that thiswas because she viewed
the CARE approach as a script to be followed strictly in a
specific order, which made the conversation rigid:

| think that's why sometimes | didn’t manage to get
the CARE aspects in the way I'd like because
sometimes you would start at one element of it, and
you think, “ Okay, | must make sure | go back to the
C element or the A element..” And then I'd be like,
“WEll, how do | sort of interject that in now? Now
we're kind of talking about something dlightly
different” | wanted it to more fluid. [Participant 12,
clinical research nurse, 1 patient]

This supporter viewing CARE as a script may reflect a more
traditional understanding of HCP-patient relationshipsin which
HCPs provide systematic education and instruction. However,
CARE encourages an approach that prompts supportersto help
patients decide what works best for them, perhaps indicating
the supporter’s misunderstanding or lack of familiarity with the
CARE approach.

Relatedly, a practice nurse doubted the CARE approach as she
perceived that patients wanted direct advice from her rather
than just the website. Consequently, shefelt quitelimited in her
supporter role.

https://cancer.jmir.org/2022/2/e36364
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Approximately 7% (2/28) of supporters highlighted that they
would haveliked to be ableto review patients’ Renewed Online
activity so that they could be aware of what patients were
referring to during appointments:

They would talk to me and I’ m not completely sure |
knew everything that they were covering [ Renewed
Online activity]...So that’s something that | found
difficult because they would talk away as if | knew
what they were talking about. [Participant 8, clinical
research nurse, 3 patients]

Other supporters printed off pages from the Renewed Online
demo and brought them into support sessionsto overcomethis.

Discussion

Principal Findings

Thisprocess evaluation used qualitative interviewsto understand
supporters’ experiences of providing support to survivors of
cancer alongside adigital intervention in primary care. Exploring
supporters’ experiences enabled the identification of possible
factors that hindered or enabled support being delivered as
intended alongside a digital intervention, highlighting lessons
for future intervention development and implementation.
Overall, supportersfelt that they were ableto follow the protocol
and deliver support as needed; however, several issues were
identified that might hamper implementation, and some minor
alterationsto Renewed Onlinewould likely berequired to ensure
that the intervention isoptimized for successful implementation
in practice. Considering implementation theory in process
evaluations can provide a framework for evaluating and
explaining the success of implementation [35]. Therefore, the
findings will be discussed in relation to the normalization
process theory (NPT) [36], an implementation theory that
explainsthe processes through which new practices of thinking,
enacting, and organizing work are operationalized in health care
[37]. An outline of the NPT, as described by McEvoy et al [38],
isprovided in Textbox 2.

The aspects of the intervention that supported implementation
included the ease of training and the perceived similarity of
Renewed Online to digital tools used in current practice. In
relation to NPT, this demonstrates a high degree of coherence
regarding the value of Renewed Online, which is needed for an
intervention to be successfully implemented well in practice.
Positive perceptions of the utility of an intervention have been
shown to be key facilitators of implementation [39], and
implementation failure occurred when HCPs did not perceive
intervention use as alegitimate activity for patients or providers
[40Q]. Previous literature has suggested that HCPs in primary
care may not be well placed to provide support to survivors of
cancer as they lack the expertise and time necessary to make
these changes and desire clearer guidance on how to do so [8,9].
However, this study found that primary care staff felt that
supporting survivors of cancer by using a digital intervention
would be appropriate and beneficial. It is possible that this
finding differs from previous literature as thisis the first study
to explore the views of primary care staff providing support
alongside a digital intervention. In most cases, this format
seemed to overcome concerns about the lack of expertise and
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time, as the digital intervention provided specific advice,
avoiding the need to devel op expertise, and vastly reduced the
amount of input needed to support survivors of cancer to make
behavioral changes. A minority of supportersinitially believed
that their perceived lack of expertise would affect their ability
to support patients. However, their confidence in this approach
improved once they began to support the patients, suggesting
that this was not a significant barrier to implementation.

Previous research on digital interventions for other conditions
has shown that primary care staff have reservations about
providing phone support, viewing it as less effective than

Textbox 2. Normalization process theory outline.

Smith et al

face-to-face support [21]. The acceptability of phone support
seen in this study may reflect the fact that primary care is
changing and is increasingly using phone appointments to
manage increasing workloads [41]. This may normalize more
rapidly in the current climate, as telemedicine is increasingly
advocated for use in those with cancer during the COVID-19
pandemic to minimizethe number of visitsto health care settings
and risk of exposure [42]. This increase in acceptability has
implications for the implementation of future digital
interventions using primary care staff to support digital
intervention users, as phone support may provide similar effects
and be more cost-effective [20].

Construct and definition

Coherence

The work individuals and organizations have to go through to understand a new practice to promote or inhibit it; these processes are energized by

investments of meaning made by participants

Cognitive participation

Thework individual s and organizations have to go through to enroll users and engage with anew practice; these processes are energized by investments

of commitment made by participants

Collective action

The work individuals and organizations have to go through to enact a new practice; these processes are energized by investments of effort made by

participants

Reflexive monitoring

The work of formal or informal appraising an intervention to develop participants' comprehension of the effects of the intervention; these processes

are energized by investmentsin the appraisal made by participants

Most supporters successfully engaged with the CARE approach,
with some noting that not giving direct advice was a positive
change and welcomed patients being more involved in their
care. This provided evidence of both cognitive participation
and collective action and suggested that for most supporters,
the CARE approach would likely normalize well in practice.
However, a minority experienced difficulty adjusting to
providing nondirective support and instead allowing the digital
intervention to provide the advice. In terms of NPT, there was
an apparent lack of cognitive participation, which suggests a
potential challenge for successful implementation. Inthe wider
literature, HCPs' difficulty in adjusting to not giving direct
adviceis aprevalent pattern. Encouraging health care workers
to switch from a more traditional paternalistic approach, in
which they hold all the knowledge and power and giveit to the
patient, to an equal relationship using nondirective support often
requiresintensivetraining, including reflective practices[43,44].
This is an issue that is pertinent to providing human support
alongside many digital interventions, where health care workers
are often employed to boost engagement but are not expected
to be experts or to give advice [20,26]. It is possible that more
intensive training might help the minority who struggle with
the CARE approach. Alternatively, it may be that employing
staff specifically to provide this support is more feasible than
implementing more intensive training to change the behavior
of health care workers whose daily work usualy involves
working in adirectiveway (eg, giving advice). Such an approach
has been adopted successfully in a digital diabetes prevention
program in which a commercial company (Changing Health)

https://cancer.jmir.org/2022/2/e36364

provides telephone support to NHS patients using digital
services [28].

Some clinical research nurses perceived that not being based
within GP practices was a barrier to delivering support as
intended, as they did not have a pre-existing relationship with
patients or access to their medical records and consequently
reported finding it challenging to build rapport during 10-minute
sessions. NPT would see thisasachallengeto collective action,
which examines the work HCPs have to do to enact a process
[36]. Thisisan important issue, as the model of using research
nurses adopted in this study is similar to that adopted within
health care elsewhere, such aswhen private companies provide
telephone support alongside digital interventions to patientsin
the United Kingdom's NHS (eg, the NHS digital diabetes
prevention program); these workers do not have prior
relationships with patients or access to their medical records.
It may be that within such a context, alonger (perhaps double)
appointment is needed to provide time to build rapport, as
rapport building is considered crucial to quality health care
support [41].

Some supporters suggested that Renewed Online should be
offered to patients sooner after finishing treatment as this may
be when patients are most vulnerable and motivated for behavior
change. This demonstrates the NPT construct of reflective
monitoring, whereby supporters’ appraisal of Renewed Online
considered the potential disadvantages and suggested how
implementation may be improved in the future. In line with
supporters’ suggestions, previous research found that survivors

JMIR Cancer 2022 | vol. 8| iss. 2 [e36364 | p.154
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

of cancer described feeling the drive to adopt a healthier lifestyle
to feel better and more empowered immediately after finishing
treatment, and hence, it may bethat thisisthe optimal teachable

moment [15].

Table 1. Plansfor addressing challenges faced by supporters.

Smith et al

In light of the experiences of supporters and the barriers
identified, several issues were identified, and potential plans
for addressing these issues are presented in Table 1.

Challenges faced by supporters

Plans for addressing those challenges

Many supporters were concerned that the 10-minute support
sessions were too short.

Some clinical research nurses perceived that not knowing the
patient before the first session was a disadvantage, as they had
no existing rapport to build on.

Some HCPs? expressed a desire to see patients’ activity on Re-
newed to enable easier and most salient conversations during
Sessions.

Supporters suggested Renewed should beintroduced at the point
when patients are leaving cancer treatment asthisis potentially
when they are most in need of support.

A few supporterswere reluctant to use the CARE? approach as
it was different from atraditional health care worker—patient
relationship where the HCP is seen as having control and pro-
vides advice.

A few supporters expressed a misunderstanding of how to use
the CARE approach.

Some supporters expressed that delivering more support enabled
them to build confidence.

Giving the option for the first session to be a double appointment should allow the
timefor initial introductions and addressing concerns.

Having the first session be an optiona double appointment should allow time to
build more rapport before beginning support.

It may be useful to provide supporters with access to patients’ Renewed activity.

Future implementation of Renewed may need to concentrate on patients who have
finished treatment more recently instead of up to 10 years after treatment.

Training could be intensified for the minority who have concerns about not giving
advice. Thiscould include reflective practices, which have been shown to help people
switch from adirective to nondirective approach [43,44].

Update supporter training to include video demonstrations of how CARE can be
delivered.

Have fewer supporters so that they are able to support a greater number of patients,
which could give them the opportunity to build confidence in delivering support.

3HCP: hedlth care professional.
bCARE: congratulate, ask, reassure, and encourage.

Strengths and Limitations

The variation in HCP roles included in the study alowed the

experiences of implementing support alongside Renewed may
have differed for those who did not accept an invitation to
interview.

nuanced experience of thosein different job rolesto be explored.

This study has several limitations. First, the data could not be
analyzed iteratively during the interview period. This meant
that the themes developed in early interviews could not be
explored further in later ones, which can devel op meaning and
understanding [45]. Second, most (401/557, 71.9%) logged
support sessionsin the Renewed RCT were reported as sticking
to 10 minutes within support sessions, however, those who
consented to the interview gave patients 15 minutes on average
within support sessions. It is difficult to know why this study’s
sample differs from the overall trial sample in this way and
whether it might limit the transferability of results. This
difference may be because of the use of paper self-report
measures to collect the duration of support sessions within the
trial, possibly resulting in a social desirability bias [46].
However, given the opportunity in an interview to discuss this
in more detail, HCPs may have been more inclined to mention
if they went over 10 minutes and why. Third, we were unable
to record consultations with supporters within this study; hence,
we could not corroborate supporters reports on how they
implemented the CARE approach. Further research exploring
the recorded consultations of supportersusing CARE would be
useful. Finally, there was alow response rate to the interview
invitations. There may be various reasons for such a low
response, one of which may be the capacity for HCPsto conduct

Conclusions

Our results suggest that HCPs generally found providing support
alongside adigital intervention acceptable and were amenable
to contributing to the delivery of support to survivors of cancer
in primary care. Key factors that may support the successful
implementation of this type of digital intervention in practice
include the increasing acceptability of phone support and the
utility and acceptability of nondirective support among most
HCPs, such asthe CARE approach. Challengesto implementing
support alongside a digital intervention were also identified,
including concerns about not having enough time during support
sessions to build rapport and, in a minority, concerns about
using anondirective approach. Thisstudy showsthat even when
support for a digital intervention is designed to be brief,
sufficient time needsto be allowed intheinitial support sessions
to allow practitionersto feel confident that rapport can be built.
Further research is needed to explore whether additional training
might be enough to support a minority of health care
practitioners who were concerned about giving nondirective
support to adopt this approach. If not, then primary care could
consider employing other staff, such as social prescribers of
health coaches, who work in a less directive way than nurses
and health care assistants and who are now becoming
increasingly common in the United Kingdom's NHS [47].

interviews because of busy schedules. The perceptions and
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There is a clear need for primary care to provide support to
survivors of cancer [7]; however, previous research has
suggested that lack of time and training on how to support this
patient group are key barriers to providing this support [8,9].
This study showed that providing support alongside a digital
intervention might be an acceptable way of overcoming these
barriers, asonly asmall amount of support isrequired, and there

Smith et al

change skills. This approach of mixing digital and human
support will likely be useful to others in developing and
implementing interventions to support other aspects of carefor
survivors of cancer, which are not targeted within Renewed
Online, such as support for sexual dysfunction, smoking
cessation, alcohol consumption, returning to work, and lack of
social connection and support.

is no need to develop cancer-specific expertise or behavior
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Abstract

Background: Survivors of breast cancer can face interna barriers to physical activity, such as uncertainty and frustration
stemming from physical limitations, decreased physical functioning, fatigue, and pain. Interventionsthat draw from the principles
of Acceptance and Commitment Therapy (ACT) may help survivors of breast cancer overcome some of the internal barriers
associated with physical activity.

Objective: The primary aim of this study was to investigate the acceptability of an electronically delivered physical activity
intervention for survivors of breast cancer, centered on ACT processes.

Methods: This study used a 1-group pretest-posttest design. We recruited 80 insufficiently active female survivors of breast
cancer using a web-based recruitment strategy. The 8-week intervention consisted of weekly modules that featured didactic
lessons and experiential exercises targeting key ACT processes in the context of physical activity promotion (namely, values,
committed action, acceptance, defusion, and contacting the present moment). We determined intervention acceptability according
to study retention (=70%), adherence rates (=75% of the participants compl eting =50% of the modules), and posttest survey scores
reflecting the perceived ease of use, perceived usefulness, and interest and enjoyment of the intervention (=5 on a 7-point
Likert-type scale). We also evaluated changes in self-reported aerobic and muscle strengthening—physical activity, physical
activity acceptance, physical activity regulation, and health-related outcomes.

Results: Theretention rate (61/80, 76%), adherence rate (60/80, 75%), average perceived ease of use (6.17, SD 1.17), perceived
usefulness (5.59, SD 1.40), and interest and enjoyment scores (5.43, SD 1.40) met the acceptability criteria. Participantsincreased
their self-reported aerobic physical activity (Cohen d=1.04), muscle strengthening—physical activity (Cohen d=1.02), physical
activity acceptance (cognitive acceptance: Cohen d=0.35; behavioral commitment: Cohen d=0.51), physical activity regulation
(identified regulation: Cohen d=0.37; integrated regulation: Cohen d=0.66), increased their ability to participate in social roles
and activities (Cohen d=0.18), and reported less fatigue (Cohen d=0.33) and sleep disturbance (Cohen d=0.53).

Conclusions: Electronically delivered acceptance- and mindfulness-based interventions may be useful for promoting physical
activity in survivors of breast cancer. Further research is needed to refine these approaches and evaluate their effectiveness.
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Introduction

Background

Despite the well-documented benefits of physical activity, most
survivors of breast cancer do not meet the nationaly
recommended physical activity guidelines[1,2]. Thispopulation
may encounter challenges in meeting the recommended levels
of physical activity common to the general US population, along
with barriers attributable to cancer and itstreatment. These can
include uncertainty and frustration stemming from physical
limitations, decreased physical functioning, fatigue, and pain
associated with physical activity [3-6].

Behavioral interventions based on the principles of Acceptance
and Commitment Therapy (ACT) may be useful in helping
survivors of breast cancer increase physical activity. This is
partly because many of the barriers to physical activity
attributable to cancer and itstreatment areinternal in nature and
are not necessarily amenable to immediate problem solving.
ACT is an approach to behavioral therapy that supplements
behavioral skill building with techniques centered on developing
psychological flexibility: the ability to be aware of, accept, and
proceed with gentle persistence despite uncomfortable
sensations, thoughts, and feelingsthat may accompany behaviors
consistent with personal values [7]. It encourages individuals
to set goals and take committed action in the service of clearly
defined values. Rather than identifying and seeking to change
problematic thoughts, emotions, and physical sensations that
can standin theway of valued living, ACT focuses on changing
how individuals relate to these thoughts and feelings.
Compelling evidence demonstrates that ACT is effective in
bringing about a broad range of psychological and behavioral
outcomes [8,9] and has shown promise for helping cancer
survivors cope with negative internal experiences that can
accompany cancer diagnosis and treatment [10,11].

Although ACT is typicaly delivered face-to-face by trained
mental health professionalsin clinical settings, ACT principles
and skills are increasingly being applied remotely to promote
behavior change for public health priorities, such as smoking
cessation, weight management, diabetes management, and
physical activity [12-16]. A recent systematic review and
meta-analysis concluded that interventions based on ACT
principles hold promise for increasing physical activity, but
their application to thisend isnascent [17]. The degreeto which
this approach to physical activity promotion, delivered
electronically, may be appropriate and useful for survivors of
breast cancer is unknown.

Objectives

The primary am of this study was to investigate the
acceptability of the ACTive program, an electronically delivered
acceptance- and mindfulness-based physical activity intervention
designed for survivors of breast cancer. This research
corresponds to phase Ila: Proof-of-Concept of the

https://cancer.jmir.org/2022/2/€31815

Obesity-Related Behavioral Intervention Trials model for
developing behavioral trestments [18]. It follows formative
qualitative research [19] and systematic intervention
development and refinement [20]. Our primary hypothesiswas
that female survivors of breast cancer exposed to the ACTive
program would rate it as acceptable, as defined by study
retention, program adherence, and ratings of perceived ease of
use (PEOU), usefulness, and intrinsic motivation. Exploratory
aimswereto evaluate changesin participants' physical activity,
related cognition, and health-related outcomes associated with
receiving the behavioral intervention.

Methods

Recruitment

Eligibility criteriaincluded that the participants be female adults
with a history of breast cancer diagnosis who were not
undergoing chemotherapy or irradiation treatment and were not
planning on or preparing for surgery. Furthermore, participants
werenot eligiblefor inclusionif upon eligibility screening their
modified Physical Activity Readiness Questionnaire [21] score
indicated that unsupervised physical activity may not be safe,
or the modified Godin Leisure-Time Exercise Questionnaire
[21] indicated that they tended to engage in =150 minutes of
moderate intensity aerobic exercise per week (or =75 minutes
of vigorousintensity aerobic exercise per week or an equivalent
combination of physical activity volume).

We recruited participants using the services of the Love
Research Army of the Dr Susan Love Research Foundation.
The recruitment material was emailed to a large listserv
consisting of approximately 79,000 individualswho had signed
up to receive information about breast cancer—related research
studies. Interested participants provided their contact
information. The study staff contacted interested individuals
via telephone to assess eligibility and engage in the informed
consent process.

Study Design

This study used a 1-group pretest-posttest design. Participants
were recruited in September 2020 and completed a baseline
survey about demographic information, physical activity levels,
physical activity acceptance, physical activity regulation, and
quality of life. The intervention content was delivered over the
course of 8 weeks, starting in the last week of September 2020.
All participants started the intervention simultaneously. A week
after completing the intervention, participants completed a
follow-up survey gathering information about the acceptability
of the intervention, physica activity levels, physical activity
acceptance, physical activity regulation, and quality of life.
Surveyswere delivered viaREDCap (Research Electronic Data
Capture; Vanderbilt University).
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Ethics Approval

All study procedures were approved by the University of Texas
School of Public Health Committee for the Protection of Human
Subjects (HSC-SPH-18-1025). All participants provided
informed consent for participation before taking part in the
study.

I ntervention Development

Before this study, we devel oped the ACTive program using an
iterative design process. We used an existing manual to guide
the application of ACT principles to help insufficiently active
individuals increase physical activity [22]. To frame the
intervention development process, we used the Information
Systems Research framework [23]. This approach frames
intervention development in three cycles (ie, design, rigor, and
relevance cycles), which are iteratively repesated (Figure 1).
Throughout this process, weincluded insightsfrom individuals

Robertson et al

from the target population (30/80, 37% of the participants met
the aforementioned eligibility criteriaand were recruited using
the same methods). Thelead author (M CR) conducted individual
interviews with participants after they experienced the
devel opment of intervention content and revised theintervention
based on the findings from these interviews. The results of
qualitative analyses are presented in the qualitative study by
Robertson et a [20]. Throughout this process, weidentified and
iteratively tested the practical aspects of the ACTive program
design. For example, we found REDCap to be an intervention
delivery modality that could securely deliver intervention
content (including potentially sensitive information) in a way
that was perceived assimple and easy to navigate. Furthermore,
we included mixed types of media (eg, short videos and audio
files, images, text, and documents) and added components that
participants requested, such as resources with instructions on
how to safely engage in muscle strengthening—physical activity
and gentle yoga classes.

Figure 1. Information Systems Research iterative design framework for the intervention.

Build artifacts and processes
Objective: Develop a digital acceptance- and mindfulness-based physical activity
intervention for insufficiently active survivors of breast cancer

Develop Intervention Content and
Design Usability

Intervention

The ACTive program (Textbox 1) [24] was designed to help
insufficiently active survivors of breast cancer meet the 2018
aerobic- and muscle strengthening—physical activity guidelines
for Americans according to their own physica activity—related
preferences and abilities. Target guidelines included engaging

https://cancer.jmir.org/2022/2/€31815

XSL-FO

RenderX

in 150 minutes of moderate intensity aerobic physical activity
per week (or 75 minutes of vigorousintensity aerobic physical
activity per week or an equival ent combination of both exercise
intensities), engaging in a least two bouts of muscle
strengthening—physical activity that targeted all major muscle
groups per week [25].
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Textbox 1. Template for Intervention Description and Replication checklist for the present intervention.

The ACTive program briefsand description
«  Why?

o  Despite the well-documented benefits, most survivors of breast cancer do not meet nationally recommended physical activity guidelines.
Behavioral interventions based on the A cceptance and Commitment Therapy principles may be useful for helping survivors of breast cancer
to increase physical activity. Digital behavior change interventions minimize barriers to access that can undermine traditional behavioral
interventions.

e What (materials)?

« The ACTive program consisted of 9 modules that featured didactic lessons and experiential exercises targeting key Acceptance and
Commitment Therapy processes (Table 1). In addition, the ACTive program featured cancer survivor—specific resources for engaging in
aerobic- and muscle strengthening—physical activity and delivered behavior change techniques for safely increasing physical activity. See
the Methods section for more details and references to external content.

«  What (procedures)?

«  TheACTive program was designed to help insufficiently active survivors of breast cancer gradually strive toward meeting the 2018 physical
activity guidelines for Americans in accordance with their own physical activity—related preferences and abilities. The participants were
sent intervention content weekly. They were encouraged to view al intervention content and provide responses to all queries before the
next weekly module was sent.

e Who provided?

« All intervention content was created or curated by the principal investigator of the study (MCR), a doctoral student with an Master's in
Public Health studying behavioral science. See the Methods section for more details and references to external content.

. How?

« Theintervention was delivered via REDCap (Research Electronic Data Capture). REDCap was also used to periodically send participants
emailsfrom the principal investigator’s (MCR) email address acknowledging the participants’ effort and responses (eg, providing participants
with their statements of values, goals, and committed action).

e Where?

«  Theintervention content was delivered via the internet to participants throughout the United States.

e  When and how much?
«  The ACTive program was delivered over the course of 8 weeks, starting from the last week of September 2020. Per week, 1 module was
sent (the first week additionally contained a brief Getting Started module).
o Tailoring:

«  The participants were regularly reminded of their previous responses and were prompted to build upon them (eg, in week 3, participants
were presented with the personal valuesthey identified in week 2 and asked to set corresponding goals and engage in action planning). The
intervention also provided optional resources, and individuals were encouraged to use those that they found to be personally relevant (eg,
information pertaining to physical activity and lymphedema).

« Howwdl?

« All intervention content was successfully sent to participants' preferred email addresses. Study retention and intervention adherence are the
end points detailed in the Results section of this paper.
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Table 1. ACTive program module topics and featured behavior change techniques (BCTs).

Module

Main topic (with the Acceptance and Commitment Therapy
processes)

BCTsfor physical activity promotion®

Introductory session: introduces study staff; establishes expecta-
tions

The benefits of physical activity: relevant scientific literature on
physical activity; ways to gauge intensity

Values: identifying and clarifying personal va ues; how adherence
to physical activity may support these val ues; increasing motiva-
tion

Goals and committed action: identifying goals consistent with
vaues, including at least one physical activity—related goal; taking
committed action to accomplish goals; distinguishing internal
and external barriers to physical activity

Acceptance: increasing acceptance asit appliesto distress toler-
ance and physical activity; discriminating between acknowledg-
ment and avoidance of internal discomfort; also included acre-
ative hopel essness exercise

Cognitive defusion: breaking the link between thoughts and be-
havior; becoming more aware of thoughtsthat may interferewith
exercise plans

Mindfulness: contacting the present moment; being present; al-
lowing negative internal events to pass without disrupting com-
mitted action; engaging in nonjudgmental contact with psycho-

Motivational interviewing (confidence ruler to elicit positive change
talk); time management

Provide information on conseguences of behavior in general; environ-
mental restructuring; provideinstructionson how to perform the behav-
ior; demonstrate the behavior

Stress management and emotional control training; prompt self-moni-
toring of behavior; provideinstructions on how to perform the behavior;
demonstrate the behavior

Stress management and emotional control training; prompt self-moni-
toring of behavior; goal setting (behavior); action planning; provide
instructions on how to perform the behavior; demonstrate the behavior

Stress management and emotional control training; prompt self-moni-
toring of behavior; goal setting (behavior); set graded tasks; provide
rewards contingent on successful behavior; barrier identification and
problem solving® provideinstructions on how to perform the behavior;
demonstrate the behavior

Stress management and emotional control training; prompt self-moni-
toring of behavior; goal setting (behavior); set graded tasks; provide
rewards contingent on successful behavior; barrier identification and

problem solvi ngb; provideinstructions on how to perform the behavior;
demonstrate the behavior

Stress management and emotional control training; prompt self-moni-
toring of behavior; goal setting (behavior); set graded tasks; provide
rewards contingent on successful behavior; provideinstructions on how

logical and physical events that occur; increasing awareness
during physical activity

8 Review: review and integrate key concepts

9 Maintenance: how to maintain adherence to physical activity;
navigating lapses; preventing relapse

to perform the behavior; demonstrate the behavior

Stress management and emational control training; prompt self-moni-
toring of behavior; goal setting (behavior); set graded tasks; provide
rewards contingent on successful behavior; provideinstructions on how
to perform the behavior; demonstrate the behavior

Plan social support or social change; relapse prevention and coping
planning; stress management and emotional control training; prompt
self-monitoring of behavior; provide rewards contingent on successful
behavior; provide instructions on how to perform the behavior;
demonstrate the behavior

80n the basis of the Michie taxonomy [26].

bProblem solvi ng was applied to external problems that may be readily amenable to change, but acceptance was applied to internal problems that may

be more resistant to short term changes.

The intervention consisted of 9 modules that featured didactic
lessons and experiential exercisestargeting key ACT processes
(namely, values, committed action, acceptance, defusion, and
contacting the present moment) in the context of physical
activity promotion for cancer survivors (Table 1). Sessions
began with a mindfulness exercise designed to focus
participants attention in preparation for lesson content and
foster the initiation of a mindfulness practice. Didactic lessons
typically consisted of multiple 3- to 5-minute video and audio
files narrated by the principal investigator of the study (MCR);
these were supplemented by outside sources from ACT experts
(eg, videos created by Dr Russ Harris [27,28]). Sessions also
featured workbook-type activities and exercises designed to
apply didactic content to their lives (eg, having participants
identify their personally held values).

https://cancer.jmir.org/2022/2/€31815

In addition to acceptance- and mindfulness-based content, the
ACTive program featured resources for engaging in physical
activity and applying commonly used behavior change
techniquesfor physical activity promotion (Table 1) [26]. These
resources included cancer survivor—specific how-to videos for
engaging in muscle strengthening—physical activity (eg,
embedded linksto the Oncol ogy, Nutrition and Exercise Group
exercise videos by PennState [29], a video on proper walking
posture by an exercise physiologist, and recorded yoga sessions
for cancer survivors) as well as other audiovisual components
(eg, images with supportive messages or inspirational quotes)
and supporting documents (eg, a habit tracker and a printable
calendar). The participants were prompted to report their weekly
physical activity levels to facilitate self-monitoring. If
participants (1) reported meeting the recommended guidelines
for aerobic physical activity or muscle strengthening exercise,
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(2) met their own personally set physical activity—related goals,
or (3) improved their aerobic physical activity from the week
before, they wereimmediately rewarded with celebratory images
and statements acknowledging the achievement (no additional
content was added if participants did not meet any of these
criteria).

The intervention was delivered in an automated fashion via
REDCap, which sent surveys containing all intervention content
through a dedicated study email address. To facilitate a sense
of supportive accountability [30], REDCap was used to
automatically send participants emails from the principal
investigator's (MCR) email address upon completion of various
aspects of the intervention. These emails acknowledged
participation and provided participants with their own responses
for their records (eg, providing participants with their values,
goas, and statements of committed action). Further, the
REDCap surveys were programmed to automatically provide
reminders of previousinput responses so that participants could
build upon them (eg, participantswere presented with what they
put astheir val ues upon being prompted to engagein goal setting
and action planning).

M easures

Acceptability
Our conceptualization of the ACTive program’s acceptability
was based on study retention and adherence rates and the

https://cancer.jmir.org/2022/2/€31815
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Integrated Model of Technology Acceptance (IMTA). [31,32].
We calculated the ACTive program’s retention rate as the
percentage of participantswho completed the follow-up survey.
We calculated the adherence rate from the percentage of
modules completed by each participant as indicated by the
REDCap system use data. IMTA is a measurement model for
eHealth technology acceptance. It unifies previous lines of
research of information systems acceptance and posits that
technology adoption is best predicted by PEOU, perceived
usefulness (PU), and intrinsic motivation [31,32]. To measure
these constructs, we used the PEOU scale[31,32], the PU scale
[31,32], and the interest/enjoyment subscale of the Intrinsic
Motivation Inventory (IMle) [33] (Table 2). The PEOU and PU
scales consist of six 7-point Likert-type items (eg, “Learning
to operate thisintervention would be easy for me” and “1 would
find this intervention to be useful for being more physically
active,” respectively), with responses ranging from Extremely
unlikely to Extremely likely. A psychometric analysis of these
scales found evidence of reliability (Cronbach a of .98 for PU
and .94 for PEOU) and convergent, discriminant, and factorial
validity [34]. The IMle scale consists of seven 7-point
Likert-typeitems(eg, “1 enjoyed doing thisactivity very much”),
with responses ranging from 1 (Not at all true) to 7 (very true).
This subscale has demonstrated good internal consistency and
test-retest reliability in diverse populations [33,35,36].
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Table 2. Summary of operationalizing measures.

Robertson et d

Construct and component Operationalization Internal Exampleitem
reliability?
Acceptability
Retention Percentage of participants who completed  \/aP N/A
the follow-up survey
Adherence Percentage of modules completed N/A N/A
Ease of use Perceived ease of use scale [31,32] .95 “Learning to operate thisintervention would be easy for
me”
Usefulness Perceived usefulness scale [31,32] .97 “1 would find this intervention to be useful for being
more physically active.”
Enjoyability Interest and enjoyment subscale of the In- .92 “|1 enjoyed doing this activity very much.”
trinsic Motivation Inventory [33]
Physical activity
Leisure-time aerobic physi- Godin Leisure-Time ExerciseQuestionnaire  N/A “During atypical 7-d period (aweek), how many times
cal activity [37] on average do you do the following kinds of exercise
for morethan 15 minutes during your freetime? Moder-
ate Exercise (not exhausting; eg, fast walking, baseball,
tennis, easy bicycling, volleyball, badminton, easy
swimming, apine skiing, popular and folk dancing).”
Musclestrengthening—phys- Modified Godin Leisure-Time Exercise N/A “In atypical week, outside of your job or work around
ica activity Questionnaire [38,39] the house, how many days do you do leisure-time
physical activities specifically designed to strengthen
your muscles such aslifting weights, circuit training, or
resistance bands? (Do not include cardio/aerobic types
of exercise).”
Physical activity acceptance
Cognitive acceptance Cognitive acceptance subscale of PAAQS 79 “I need to concentrate on getting rid of my urgesto stop
exercising or put off exercise.”
Behaviora commitment Behavioral commitment subscale of PAAQ .81 “1 am committing to being physically active no matter
what feels uncomfortable or challenging about that.”
Physical activity motivation
Amotivation Amotivation subscale of BREQ-3d .84 “1 don't see why | should have to exercise”
External regulation External regulation subscale of BREQ-3 .86 “| exercise because other people say | should.”
Introjected regulation Introjected regulation subscale of BREQ-3 .84 “| feel guilty when | don’t exercise”
Identified regulation Identified regulation subscale of BREQ-3 .79 “It’s important to me to exercise regularly.”
Integrated regulation Integrated regulation subscale of BREQ-3 .88 “| exercise because it is consistent with my life goals”
Intrinsic regulation Intrinsic regulation subscale of BREQ-3 .93 “| exercise becauseit’'s fun.”
Health-related outcomes
Physical function Physical function subscale of PROMIS-29° .78 “Are you able to do chores such as vacuuming or yard
work?’
Anxiety Anxiety subscale of PROMIS-29 .89 “In the past 7 days...| felt fearful ”
Depressive symptoms Depressive symptomssubscaleof PROMIS- .87 “In the past 7 days...| felt worthless.”
29
Fatigue Fatigue subscale of PROMIS-29 .94 “In the past 7 days...how run-down did you feel on av-
erage?’
Sleep disturbance Sleep disturbance subscale of PROMIS-29 .88 “In the past 7 days...| had difficulty falling adeep...”
Ability to participatein so-  Ability to participatein social rolesand ac- .90 “1 have trouble doing all of the activities with friends
cia rolesand activities tivities subscale of PROMIS-29 that | want to.”
Pain interference Pain interference subscale of PROMIS-29 .94 “In the past 7 days...how much did pain interfere with

your day to day activities?’
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&Cronbach a at follow-up of this study.

BNI/A: not applicable.

°PAAQ: Physical Activity Acceptance Questionnaire [40].
dBREQ-3: Behavioral Regulation for Exercise Questionnaire-3 [41].

Robertson et d

€PROMIS-29: Patient-Reported Outcomes M easurement Information System-29 profile measure (version 2.1) [42].

Physical Activity

To assess physical activity levels, the Godin Leisure-Time
Exercise Questionnaire was administered. This questionnaire
has been shown to have good retest reliability (reliability
coefficient=0.81) and convergent validity with measures of
fitness such as maximum rate of oxygen consumption during
intense exercise [37] and has been identified as auseful measure
for understanding physical activity patternsin survivorsof breast
cancer [43]. We modified the Godin Leisure-Time Exercise
Questionnaire to add an item measuring muscle
strengthening—physical activity as has been done elsewherein
populations of cancer survivors[38,39]. Thisitem reads, “In a
typical week, outside of your job or work around the house,
how many days do you do leisure-time physical activities
specifically designed to strengthen your muscles such aslifting
weights, circuit training, or resistance bands? (Do not include
cardio/aerobic types of exercise)” and response options ranged
fromOto 7.

Physical Activity Acceptance

A central construct targeted by the ACTive program is
experiential acceptance, defined as the propensity to
acknowledge negative internal experiences rather than avoid
them. We operationalized this construct using the Physical
Activity Acceptance Questionnaire (PAAQ) [40]. This
guestionnaire consists of two subscales, cognitive acceptance
(eg, “1 need to concentrate on getting rid of my urges to stop
exercising or put off exercise”) and behavioral commitment (eg,
“l1 am committing to being physically active no matter what
feels uncomfortable or challenging about that.”). Responses
ranged from 1 (Never true) to 7 (Always true). This
guestionnaire has demonstrated sound psychometric properties
in survivors of breast cancer, with high interna validity
(Cronbach a=.89), test-retest reliability, and convergent validity
with established measures of mindfulness and physical activity
(both self-reported and accel erometer-measured) [40].

Physical Activity Motivation

A recent meta-analysis and systematic review revealed that
mindfulness can have marked effects on motivation for
health-related behaviors (as  conceptualized by
Self-Determination Theory) [44]. To investigate thislink in the
context of this study, we evaluated the participants physical
activity—related motivation at baseline and after theintervention.
To do so, we administered the 24-item Behavioral Regulation
for Exercise Questionnaire-3 (BREQ-3) [41]. Thisquestionnaire
contains 5 subscales that operationalize Self-Determination
Theory constructs of amotivation, external regulation,
introjected regulation, identified regulation, integrated
regulation, and intrinsic regulation (eg, “It's important to me
to exercise regularly”). Responses ranged from O (Not true for
me) to 4 (very true for me). This questionnaire was found to
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have acceptable internal consistency in a sample of 414
survivors of colorectal cancer [45].

Health-Related Outcomes

To measure quality of life and physical functioning, we
administered the Patient-Reported Outcomes Measurement
Information System-29 profile measure (version 2.1;
PROMIS-29) [42]. The PROMIS initiative is a National
Ingtitutes of Hedth initiative that ams to create
psychometrically sound self-report measures designed to assess
well-being in various domains of human health [46].
PROMIS-29 includes eight subscal es, seven of which (physical
function, anxiety, depressive symptoms, fatigue, Sleep
disturbance, ability to participate in social roles and activities,
and pain interference) have 4 itemswith 5 Likert-type responses
each (eg, ranging from Not at all to very much). The final
subscale (painintensity) has 1 item with responses ranging from
0 (No Pain) to 10 (Worst pain imaginable). Scores were coded
and summed such that higher scoresindicate more of the concept
being measured (ie, higher scores for physical function are
favorable, but higher scoresfor anxiety are not favorable). Raw
scores were then converted to T-scores using standardized
PROMI S tables [42], which were rescaled such that the mean
was 50 and the SD was 10. This questionnaire has demonstrated
strong psychometric properties across a variety of populations,
including cancer survivors [42,47-49].

Data Analysis

We computed participants average PEOU, PU, and IMle scores
in accordance with their recommended scoring procedures. We
calculated the average weekly moderate to vigorous physical
activity using the Godin Leisure-Time Exercise Questionnaire
[37] and the average subscal e scoresfor the PAAQ and BREQ-3,
following the scoring instructions. We followed the
recommended PROMIS procedures to calculate the T-score
metricsfrom the participant responses. We used listwise deletion
to handle missing data, which assumes that missing data are
completely missing at random [50]. We set the nominal a to
.05 and used R (version 4.0.3) [51] and the tidyverse package
[52] to conduct the data analysis.

Following the CONSORT (Consolidated Standards of Reporting
Trials) guidelines[53], we determined the apriori criteriaupon
which to base our decision regarding the acceptability of the
ACTive program. These were based on retention rate, adherence
rate, and IMTA-based acceptability questionnaire data. As has
been done elsewhere, we set the criteria for an acceptable
retention rate of >70% [54,55]. Our criterion for the adherence
rate was that >75% of participants completed at least four of
the modules, which is comparable with other digital behavior
change interventions (DBCIls) for cancer survivors [55-57].
Finally, our acceptability criteriaincluded that the average scores
of PEOU, PU, and IMle were =5 (out of the 7 points of the
Likert-type scales) [58]. To pursue exploratory aims, we
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conducted 2-tailed, paired sample t tests (or paired sample
Wilcoxon signed-rank test, as appropriate) and computed Cohen
effect size values [59] for pre- and postintervention Godin
Leisure-Time Exercise Questionnaire, PAAQ, BREQ-3, and
PROM I S-29 subscale scores.

Results

Overview

We attempted to contact 134 participants who expressed interest
in the study and met the prescreening eligibility criteria. Of the
134 participants, atotal of 91 (67.9%) participantswereformally
screened. Of the 91 participants, 9 (10%) were found not digible
to participate (in most cases, because they were taking drugs

https://cancer.jmir.org/2022/2/€31815
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for aheart condition), and 2 (2%) were found to be eligible but
did not subsequently take part in the study. We engaged in an
informed consent process with 90% (82/91) of participants, all
of whom agreed to participate in the study. Of these 82
participants, 2 (2%) did not complete the baseline survey or
receive any intervention content. Thus, 80 participants were
included in the study’s analytic sample.

Participant Characteristics

The mean age of the sample was 57.5 (SD 11.4, range 31-79)
years, and the median time since breast cancer diagnosiswas 7
(IQR 3-12) years. The study samplewasrelatively well-educated
(64/80, 80% college graduates), mostly non-Hispanic White
(58/80, 73%), and mostly either overweight or obese (58/79,
73%; Table 3).
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Table 3. Participant characteristics (N=80).

Characteristic and category Values, n (%)

Education level

Some college 16 (20)
Bachelor’s degree 36 (45)
Graduate school degree 28 (35)
Employment status
Employed full time 41 (51)
Employed part-time 9(11)
Retired 20 (25)
Other 10 (13)
Marital status
Single 12 (15)
Married 58 (73)
Living with significant other 1(1)
Divorced 5(6)
Widowed 34
Race
American Indian, Alaska Native, or other 1(1)
Asian 4(5)
Black or African American 7(9)
White 65 (83)
Ethnicity
Hispanic 7(9)
Non-Hispanic 72 (91)

Stage of breast cancer at diagnosis

1 33(44)
2 30 (40)
3 10 (13)
4 2(3)
BMI status
Underweight 1)
Normal 20 (25)
Overweight 34.(43)
Obese 24 (30)

. (percentage of participants who completed at least 4 modules)
Acceptability o . _ was 75% (60/80; Figure 2). The participants average PEOU,
Of the 80 participants in the analytic sample, 61 (76%) PU, and IMle scores were 6.17 (SD 1.17), 5.59 (SD 1.40), and
completed the follow-up survey after the 8-week intervention, 543 (SD 1.40), respectively (Figure 3). The retention rate,

yielding aretention rate of 76.3%. The participants completed  adherence rate, and IMTA-based acceptability scores met the
71.5% of al modules in total, and the adherence rate predetermined acceptability criteria.
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Figure 2. Participant completion of intervention modules.
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Figure 3. Acceptability scores. Inconsistencies in the sum of percentagesis due to the rounding of the percentages.
Perceived Ease of Use scale scores (mean 6.1, SD 1.2)
Learning to access this program's content would
be easy for me 5% 3%
L;v:lg\gtﬁnd it easy to find the right praogram 8% 3% _ 88% 1-Extremely unlikely
2-Quite unlikely
This program's content organization would be ‘
. ) 4-Neither fikely nor unlikely
| would find this program to be flexible to d
It would be easy for me to become skillful at . B-Quite lkely
1 would find this program easy to use 8% 7% _ 85%
0 25 30 75 100
, Yo
Perceived Usefulness scale scores (mean 5.6, SD 1.4)
Using this program would help me to be more
physically active 14% 3% 83%
Using this program would help me to imprave my 1-Extremely unlikely
physical fitness 14% 8% 78% ey e
2-Quite unlikely
. . ~ 4-Neither likely nor unlikely
Using this program would enhance my effectivenass g 70 85%
at meeting physical activity-related goals 0 9 ° 5-Slightly likely
Using this program would make it easier for me to . B-Quite lkely
stick to physical activity routines 5% 9% 86% B xcemely kel
1 would find this program useful for helping to
live a physically active lifestyle 8% 5% _ 86%
0 25 50 75 100
%
Intrinsic Motivation Inventory Interest and Enjoyment subscale scores (mean 5.4, SD 1.4}
| enjoyed this program very much 7% 18%
This program was fun to do 13% 20% 1-Not at all true
| thought this program was boring (reverse-coded)  84% z
3
.(rrzl\fe?;‘;?égcr;; g\)d not hold my attention at all 82% 4 Somewhat e
1 would describe this program as very interesting 16% 17% . >
8
| thought this program was quite enjoyable 13% 16% . 7-Very true
While | was doing this program, | was thinking
about how much | enjoyed it 20% 20%
0 25 75 100

Exploratory Outcomes

Table 4 presents the results of the exploratory analyses. On
average, participating in the ACTive program was associated
with anincreasein nearly 90 minutes of self-reported moderate
to vigorousintensity aerobic physical activity per week (Cohen
d=1.04; Table 4; Figure 4) and 1.3 additional bouts of muscle
strengthening—physical activity per week (Cohen d=1.02; Table
4; Figure 5). The participants exhibited statistically significant
increases in scores for both the cognitive acceptance (Cohen
d=0.35) and behavioral commitment subscal es (Cohen d=0.51)
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of the PAAQ as well as for the identified regulation (Cohen
d=0.37) and integrated regulation (Cohen d=0.66) subscales
of the BREQ-3. There was no statistically significant increase
in the intrinsic regulation subscale of the BREQ-3. Finally,
participants exhibited decreased PROMIS-29 scoresfor fatigue
(Cohen d=-0.33) and dleep disturbance (Cohen d=-0.53), and
increased scores for ability to participate in social roles and
activities (Cohen d=0.18) over the course of the study. The
changesin the other PROMIS-29 subscaleswere not statistically
significant (Table 4).
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Table 4. Changes in exploratory outcomes associated with the ACTive program (n=59).

Robertson et d

Questionnaire and construct or subscale Baselinescore,  Follow-up score, Change, P value
mean (SD) mean (SD) mean (SD)
Godin Leisure-Time Physical Activity Questionnaire
Average weekly minutes of moderate to vigorous aerobic physica activity 36.2 (69.2) 127.4 (111.1) 916(114.1) o1
Average weekly bouts of muscle strengthening—physical activity 0.3(0.8) 1.6 (1.6) 1.3(1.6) <.0012
Physical Activity Acceptance Questionnaire
Cognitive acceptance 18.9(6.9) 20.4 (6.0) 2.3(6.9) 01°
Behavioral commitment 21.3(5.5) 23.8(4.7) 25(5.2) <.0012
Behavioral Regulation for Exercise Questionnaire-3
Identified regulation 2.5(0.9) 2.8(0.8) 0.3(0.6) <0012
Integrated regulation 15(1.1) 2.1(1.0) 0.7 (0.9) <.0012
Intrinsic regulation 1.7(1.0 19(11) 0.2(0.9) o7°
Patient-Reported Outcomes M easurement | nformation System-29 profile measure (version 2.1; T-scores)
Physical function 53.1 (6.4) 53.3 (5.6) 0.2 (7.0) 952
Anxiety 545 (9.1) 52.9 (8.6) -06(74)  gb
Depressive symptoms 51.1 (7.0) 49.8 (7.1) -1.2(5.6) 112
Fatigue 53.3(8.6) 50.2 (8.9) -29(9.2)  gob
Sleep disturbance 53.0(7.8) 48.8 (8.0) -4.2(7.1) <.001°
Ability to participate in social roles and activities 52.1(7.5) 53.5(7.3) 1.3(5.5) 032
Pain interference 49.7 (7.8) 50.2 (8.2) 05(8.1) 692
Pain intensity (raw score) 35(2.0) 35(1.9) 0.08 (2.1) 602

3paired-sample Wilcoxon signed-rank test.
b2-tailed, paired samplet test.
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Figure 4. Pre- to postintervention change in average weekly moderate to vigorous physical activity as measured by the Godin Leisure-Time Physical

Activity Questionnaire.
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Figure5. Pre- to postintervention changes in the average number of days participants engaged in muscle strengthening—physical activity as measured
by the modified Godin Leisure-Time Physical Activity Questionnaire.
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Discussion

Principal Findings

In this study, we evaluated the acceptability of the ACTive
program, an acceptance- and mindfulness-based physical activity
DBCI for insufficiently active survivors of breast cancer. The
8-week electronically delivered intervention was centered on
the application of ACT principles to increase psychological
flexibility and acceptance in the context of physical activity.
The study retention rate; participant adherencerate; and PEOU,
PU, and IMIe scores supported the acceptability of thisapproach
for promoting physical activity in survivors of breast cancer.
Exploratory findings suggest that participation in the program
was associated with increased aerobic- and muscle
strengthening—physical activity, physical activity acceptance,
identified and integrated regulation of physical activity, and
decreased fatigue and sleep disturbance.

Although it met the threshold we determined to be acceptable
for this early phase of research, the retention rate for this study
(74%) was relatively low. High attrition is a chalenge
commonly encountered in physical activity—related DBCIs[60],
but our retention rate was modestly lower than some other
studiesin cancer survivors[61] and the general population [62].
In addition to extraneous factors such as the possibility of
reduced participation because of the COVID-19 pandemic[63],
this may be in part because of a relatively high participant
burden. Full participation in the ACT-derived content featured
in this study required a considerable degree of concentration
and reflective thought. It may have been that participants who
were lost to follow-up were not able to do so because of
competing demands for time and energy. Future studies should
investigate which subpopulations of survivors of breast cancer
are most amenabl e to this unique approach to promote physical
activity. Adaptive interventions may feature acceptance- and
mindfulness-based modules for those who may benefit from
this content the most.

Study adherence, operationalized in thisstudy asthe completion
of the weekly modules, was relatively high. This is another
known challenge to remotely deliver digital health studies; the
participants commonly cease interacting with DBCI-related
content in health-related studiesin lessthan aweek [64]. Inthis
study, participation was close to 100% for approximately half
of the participants (48/80, 60%) and gradually tapered off over
timefor the other half (32/80, 40%; Figure 2). Evidence suggests
that physician referral is associated with markedly increased
adherenceto digital health studies and may be away to improve
adherence to empirically supported DBCls [64]. Physical
activity—related DBCIs may be a useful tool to supplement
health care providers' physical activity counseling, which has
been shown to be effective but is often limited by time
constraints [65]. Although the default assumption may be that
moreinteractionswith DBCI content isnecessarily better, there
is increasing recognition of the importance of parsing from
intervention interaction that might constitute effective
engagement or the level and type of engagement that is linked
to key outcomes of interest [66]. The ACTive program was
structured such that each module generally targeted specific
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ACT processes. It may be that some processes should be
prioritized in the context of physical activity promotion if they
predict a disproportionate amount of variance in physical
activity—related outcomes. Future studies designed to evaluate
intervention effectiveness should investigate what constitutes
effective engagement with physical activity interventions
centered on ACT principles. Furthermore, it may be useful to
investigate the optimal constitution of ACT-based programsfor
promoting physical activity.

Findings pertaining to PEOU, PU, and IMle scores indicated
that the ACTive program was well received. These constructs
predict the use and appraisal of web-based learning platforms
[34,67-69] and the likelihood of cancer survivors sharing
health-related information with others[70]. In this study, PEOU
scores were particularly high (Figure 3). This finding supports
thedelivery of ACT-derived content to promote physical activity
viadigital means. Thisisanoteworthy finding, becauseto date,
most physical activity interventions derived from ACT concepts
have been conducted in person [17]. The findings suggest that
this approach to physical activity promotion may be extended
using DBCI technologies to increase public health impact. In
this study, we used the REDCap survey delivery system.
Although audiovisual program delivery is not its primary
purpose, it seems to be useful for developing and evaluating
beginning stage behavioral interventions. Furthermore, this may
beaparticularly attractive option when privacy and data security
are paramount.

High PU and IMIe scores suggest that participating survivors
of breast cancer felt that the application of acceptance- and
mindful ness-based techniquesto increase physical activity was
relevant and enjoyable. This is an important finding given the
marked heterogeneity of motivations for physical activity,
physical abilities, and the range of desired DBCI featuresfound
in survivors of breast cancer [71]. This study is among the first
to evaluate the use of acceptance- and mindfulness-based
techniques for physical activity promotion in cancer survivors;
although, ACT is increasingly being used to inform physical
activity promotion interventions in other groups [17] and has
been recommended as a useful therapeutic modality for cancer
survivors [10,11]. The paradigm shifting emphasis to change
your relationship with problematic thoughts and feelings, rather
than changing the thoughts and feelings themselves, appearsto
resonate with insufficiently active survivors of breast cancer.
High ratings of the PU of the intervention suggest that
participants felt the program was effective at increasing their
physical activity levels, and this notion was supported by
exploratory findings.

The study participants tended to report substantial increasesin
aerobic- and muscle strengthening—physical activity levelsfrom
beforetheintervention to after theintervention. The participants
averaged approximately 90 minutes per week increases in
moderate to vigorous intensity aerobic physical activity and an
approximately 1.3 bouts per week increase in muscle
strengthening—physical activity. Given the dose response,
negative association between physical activity and overall and
cancer-specific mortality in survivors of breast cancer [72-75]
and recommended guidelinesfor cancer survivors[76-78], these
increasesare clinically meaningful. Theresultsarein accordance
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with a recent systematic review and meta-analysis that
concluded that interventions based on ACT principles hold
promise for increasing physical activity [17] and are supported
by both high PU ratings and corresponding increasesin PAAQ
scores. Given theimportance of long-term adherence to physical
activity, future research is needed to evaluate the effectiveness
of acceptance- and mindfulness-based interventions for both
initiation and long-term maintenance of physical activity in
survivors of breast cancer.

We observed small and medium effect sizes for changesin the
PAAQ subscales of cognitive acceptance and behavioral
commitment, respectively. This suggests that the participants
experienced increases in both their experiential acceptance of
physical activity—related internal experiences (eg, sensations,
cognitions, and emotions) and their behavioral commitment to
engaging in physical activity. This has implications for
long-term change; increases in cognitive acceptance have been
found to be associated with long-term changes in objectively
measured physical activity [40]. As ACT is centered on
increasing psychological flexibility, and in the context of
physical activity promotion, this is perhaps most clearly
manifested as physical activity acceptance, it may be that
effective physical activity interventions derived from ACT
tenets are partly mediated by this construct. Future studies
should investigate this possibility in survivors of breast cancer.

Participants tended to report an increase in both identified
regulation and integrated regulation of physical activity from
beforetheintervention to after the intervention. These constructs
are held by Self-Determination Theory to reflect autonomous
forms of extrinsic regulation and have been shown to be
consistently predictive of physical activity [79]. The findings
of this study are concordant with the literature that has found
mindfulness interventions to be associated with increases in
autonomous motivation [44]. Practicing mindfulness exercises,
such as engaging in mindful walking, might be theorized to
increasetheinterest or enjoyment derived from physical activity
and thus, engender increases in intrinsic regulation [44]. As
changes in this study were observed for identified regulation
and integrated regulation for physical activity but not for
intrinsic regulation, it may have been that participants' reflection
on the benefits of physical activity alongside value clarification
exercises caused them to value physical activity more deeply
and increasingly identify as someone who prioritizesit. Future
research should investigate this notion and how
Self-Determination Theory and ACT may inform behavior
change interventions in tandem.

Finally, sleep disturbance, fatigue, and the ability to participate
in social roles and activities are challenges faced by cancer
survivorsthat can begin with primary treatment and persist long
into survivorship [80-82]. In this study, participants tended to
report clinically meaningful decreases in these issues from
before the intervention to after the intervention [83]. Thisfinding
is in accordance with the literature that has found effective
physical activity interventions to impact these health-related
outcomes in cancer survivors [84,85]. Indeed, the American
College of Sports Medicine guidelines for cancer survivors
provide specific physica activity recommendations for
achieving improvements in these domains [77], and such
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changes may occur relatively quickly with increasing physical
activity levels [86,87]. Other mean changes in health-related
outcomeswere not statistically significant; although, therewere
trends toward a reduction in depressive symptoms. However,
theinterpretation of changesin PROMI1S-29 hedlth-rel ated needs
to be considered in light of the COVID-19 pandemic and its
societal ramifications, which may have influenced these
variables.

Strengthsand Limitations

The findings of this study must be considered in the context of
its limitations. The generalizability of this study is limited by
convenience sampling methods that yielded a relatively
well-educated sample and limited diversity in terms of race and
ethnicity. Furthermore, participants who responded to the
recruitment material may have been particularly motivated to
increase their physical activity. The COVID-19 pandemic
precluded more active forms of recruitment that may have
yielded a more diverse sample, but our recruitment methods
allowed individuals from al over the United States to
participate. The study’s high attrition rate has potential
implications for the findings regarding the acceptability of the
intervention. It may have been that those who were lost to
follow-up produced lower ratings. However, the results met the
a priori criteria for determining the acceptability. Our study
design was centered on investigating the acceptability of the
ACTive program and precluded making causal inferences
regarding the efficacy of the intervention. We observed that
changesin reported physical activity along with high ratings of
PU of the intervention and concomitant changes in theorized
determinants and outcomes linked to physical activity are
somewhat encouraging, but alternate explanations may account
for these observations. Salient threatsto internal validity include
history (particularly given the COVID-19 pandemic), potential
reactivity to the experimental situation, regression to the mean,
and sdlf-reported assessment of physical activity (whichisprone
to social desirability and recall bias). Thereis aso an inflated
chance of type 1 error given that we conducted multiple
statistical tests (eg, evaluating changesin all survey subscales
individually). We did not adjust the P values given the
exploratory nature of this investigation. The strengths of this
study include the use of atheory-based intervention that can be
implemented with high fidelity and has potential for scalability,
acceptability testing informed by the Obesity-Related Behavioral
Intervention Trials model for intervention development, and
predetermined thresholds to ascertain intervention acceptability.
Another strength of this project was the parsimony of design
and low cost of theintervention. The study was conducted with
minimal resource expenditure using in-house scripting or video
and leveraging extant resources (eg, REDCap). This low-end
development was used to achieve considerable positive impact
and demonstrated the ability to compile meaningful,
theory-based applications for increased reach, fidelity, and
acceptability.

Conclusions

We conclude that electronically delivered acceptance- and
mindfulness-based physical activity approaches to physical
activity promotion represent potentially well-received and useful
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intervention option for insufficiently active survivors of breast
cancer. Metrics pertaining to study retention, program
adherence, and ratings of PEOU, usefulness, and intrinsic
motivation all met the predetermined criteriafor success. Receipt
of the intervention was associated with increases in reported

Robertson et d

activity acceptance, identified and integrated regulation of
physical activity, and decreasesin fatigue and sleep disturbance.
More research is needed to further develop this approach to
promote physical activity and formally evaluate its potential
efficacy in pilot-testing with randomized designs.

aerobic- and muscle strengthening—physical activity, physical
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Abstract

Background: The National Clinical Trials Network program conducts phase 2 or phase 3 treatment trials across all National
Cancer Ingtitute’s designated cancer centers. Participant accrual across these clinical trialsis a critical factor in deciding their
success. Cancer centers that cater to rural populations, such as The University of Kansas Cancer Center, have an additional
responsibility to ensure rural residents have access and are well represented across these studies.

Objective: Thereare scant data available regarding the factorsthat act as barriersto the accrual of rural residentsin theseclinical
trials. This study aims to use electronic screening logs that were used to gather patient data at several participating sitesin The
Kansas University of Cancer Center’s Catchment area.

Methods. Screening log datawere used to assesswhat clinical trial participation barriers are faced by these patients. Additionally,
the differencesin clinical trial participation barriers were compared between rural and urban participating sites.

Results: Analysis revealed that the hospital location rural urban category, defined as whether the hospital was in an urban or
rural setting, had a medium effect on enrolment of patients in breast cancer and lung cancer trials (Cohen d=0.7). Additionally,
the hospital location category had a medium effect on the proportion of recurrent lung cancer cases at the time of screening
(d=0.6).

Conclusions: In consideration of the financially hostile nature of cancer treatment as well as geographical and transportation
barriers, clinical trials extended to rural communities are uniquely positioned to alleviate the burden of nonmedical costsin tria
participation. However, these options can be far less feasible for patients in rura settings. Since the number of patients with
cancer who are eligiblefor aclinical trial isalready limited by the stringent eligibility criteriarequired of such acomplex disease,
improving accessibility for rural patients should be a greater focusin health policy.

(JMIR Cancer 2022;8(2):€33240) doi:10.2196/33240

KEYWORDS

rura residents; clinical trials; screening; cancer; patients; lung cancer; health policy epidemiology; cancer patients; electronic
screening logs; electronic screening

Introduction

There are numerous barriersfor rura residentsto obtain health
care. Some of the barriersinclude but are not limited to lack of
facilities, lack of infrastructure, inability to travel, lack of
speciaists, financia barriers, and limited accessto clinical trials
[1]. Consequently, patients may avoid or delay care, resulting
in more severe clinical outcomes[2,3].

https://cancer.jmir.org/2022/2/e33240

RenderX

Within this field, there are severa environmental risk factors
such as sun exposure, pesticide exposure, and risk of injury
from farming equipment [4,5]. Among these risks, pesticides
and other chemicals may lead to an increased cancer incidence
among rural populations[6]. Given the nature of cancer, without
early diagnosis, the patient might be left with fewer treatment
options or may even run out of treatment options. Moreover,
treatmentsfor battling cancer are very expensive asthey require
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multiple sessions over a long period of time [7,8]. The
medicationsinvolved with cancer treatment are al so expensive,
and not all are covered through medical insurance leaving the
patient to pay for it [9]. Given most of the rural residents are
either self-employed or employed through small companies,
typically their insurance coverage is very minimal [10]. A lack
of insurance coverage or gaps in insurance coverage can add to
thedifficulty of thetreatment processfor rural patients. In many
cases, these patients must choose between skipping treatment
or taking on debt [9]. In consideration of these obstacles, clinical
trials may represent an underutilized avenue of affordable
treatment for rural patients. However, the availability of these
trials to rura patients is limited by the logistic difficulty of
bringing expensive medical devicesinvolved in cancer treatment
to isolated health centers in nonmetro areas.

The Masonic Cancer Alliance (MCA), which serves as the
outreach network for the University of Kansas Cancer Center
(KUCC), already has a great relationship with most of the rural
hospitalsand clinicsin the catchment area. The KUCC launched
thisnetwork to extend clinical trials at these hospitalsand clinics
inrural and health professional shortage areas. The majority of
trials made available to the MCA sites are the National Cancer

Table 1. Community partner sites where participants were screened
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Institute’s National Clinical Trials Network studies. To better
understand the volume and patient cohort availability, all of the
screening information gathered at these locations was
documented at each of the sites under a screening log database.
These community sites span acrossthe state of Kansas, covering
the mgjority of KUCC's catchment area.

TheNational Clinical TrialsNetwork (NCTN) programisamed
to motivate like-minded people across North America and
internationally to coordinate and support cancer clinical trials
that are funded by the National Cancer Ingtitute. The trials that
were part of the NCTN program were used as potential trials
available for patients who received care at 9 community sites.
The community site information is summarized in Table 1,
including the county and state these sites are located, as well
astheir Rural Urban Continuum Codes (RUCC) classification,
which designates counties as rural or urban depending on
population and urbanization.

KUCC, in collaboration with MCA, launched clinical trial
screening at the 9 community sites that are located across the
KUCC catchment areafor the NCTN trials. Figure 1 provides
ageographical representation of where these sites are located.

Site name County, state (population)

Health professiona shortage areas
(primary care)

RUCC? classification

Hays Medical Center Ellis County, KS (28,553)
Finney County, KS (36,467)
Lyon County, KS (33,195)
Johnson County, KS (602,401)
Saline County, KS (54,224)
Finney County, KS (36,467)

Shawnee County, KS (176,875)

Heartland Cancer Center
Newman Regional Center
Olathe Medical Center

Salina Regiona Health Center
St. Catherine Hospital

St. Francis Comprehensive Medical

Center
Truman Medical Center Jackson County, MO (703,011)

Via Christi Hospital Crawford County, KS (38,818)

Rura (5) No
Rurd (5) Yes
Rural (4) Yes
Urban (1) No
Rura (5) Yes
Rurd (5) Yes
Urban (3) Yes
Urban (1) No
Rurd (4) Yes

3RUCC: Rural Urban Continuum Codes.
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Figure 1. Geographical location of the clinical trial screening sites. RUCC: Rural Urban Continuum Codes. ©Mapbox ©OpenStreetMap.

RUCC Classification
M Rural (4)
Rural (5
W Rural (7)
(

Urban (1
W Urban (3

St. Catherine Hospital

Methods

Screening M ethodology

TheMCA, in conjunction with the Biostatistics and I nformatics
Shared Resources, have built a screening log survey using
REDCap (Research Electronic Data Capture) [11]. The
screening log was targeted to capture high-level information
about participantswho were screened at these community sites.
The screening log captured information such as whether there
was atrial available based on the community cancer center’s
clinical trialsportfolio. If apotential trial was currently available
for a participant’s cancer type, the participants were screened
and screening information was documented. Documented
screening information for these patientsincluded cancer disease
type, stage, and recurrence. The screening log is attached as a
supplementary document listing al the questions that were
captured during the screening. If a patient was found to be
ineligiblefor atrial after screen, the corresponding reasonswere
also documented. If a patient was eligible for atrial but chose
not to take part, their reasons were also documented. Multiple
disease trials were considered to be available trials for both
patients with lung cancer and patients with breast cancer.

https://cancer.jmir.org/2022/2/e33240

Truman Medical Center

Newman Regional Center |

A3

Via Christi Hospital

The University of Kansas Medical Center Ingtitutional Review
Board's approval was given to capture the partici pants screening
information acrossthe 9 community sitesin October 2014. Since
then, information has been captured under the REDCap
screening log project. The data dictionary depicting the
screening information that was captured has been attached asa
supplementary document (MultimediaAppendix 1). The number
of clinica trials that were available across these 9 sites is
illustrated as a bar chart in Figure 2. These results are stratified
by year, and different colors represent the type of disease the
trial was targeting (breast, lung, or multiple disease). The
multiple disease trialsare broader studiesthat allowed screening
for both breast and lung but a so other common cancer types.

The 9 sites involved in the screening process span across the
state of Kansas and are described in Table 1. Based on the
RUCC, these siteswere classified asRural (RUCC 4-9) or Urban
sites (RUCC 1-3). For the purposes of this study, we used
hospital location to categorize rural or urban statusto compare
factorsin breast cancer and lung cancer between the rural and
urban groups. These factors include clinical trial availability,
barriers to treatment, and disease characteristics.
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Figure 2. Clinical trials actively screening during the calendar year.
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ELE

Distinet Studies

Statistical Analysis

The data capture for screening were developed with a pure
intention of operational goals, and consequently there was not
aformal study design to determine the sample size for each of
these sites. Moreover, the screening process of clinical trialsis
hard to predict, and there is aways an ebb and flow with
screening both in urban and rural areas. Due to these sampling
issues, the Fisher exact test P value was determined to be an
insufficient method for comparing rura participants to urban
participants. Additionally, in consideration of the fact that
significant P values are also likely to be found in large sample
sizeseven when the size of the effect isnegligible, Cohen d was
used to calculate effect size instead [12]. To obtain the Cohen
d, alog odds ratio was calculated and then converted [13]. A
Cohen d value of [0;0.2) implies negligible effect; [0.2; 0.5)
implies small effect; [0.5; 0.8) implies medium effect; and [0.8;
infinity) implies large effect [14].

Cohen d Calculation
Cohen d is calculated using the following standard formula:

Bl
@

Variables included for analysis included the rural-urban
category, with outcomes including the disease-specific
information gathered during the screening process. Among the
disease-specific information, variables varied between patients
who had breast cancer and those diagnhosed with lung cancer.

Outcome variables for patients with breast cancer included
clinical trial availability, whether they were a new or existing
patient at diagnosis, tumor stage, histology of the breast, nodal
breast status, metastatic status, recurrence status, stage of breast,
and hormone of the breast. Clinical trial availability was
recorded as yes or ho depending on whether aclinical trial was
available. Metastatic status was recorded as yes or no.
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Recurrence status was recorded as recurrent or nonrecurrent.
Tumor stage was recorded as T1, T2, T3, or T4. Histology of
the breast was recorded as ductal carcinoma in situ (invasive
carcinoma), or inflammatory carcinoma. Nodal breast status
was recorded as either positive or negative. Stage of breast was
recorded as O, I, I, 111, or V. Lastly, the hormone of the breast
was recorded as ER/PR+ (estrogen receptor/progesterone
receptor) HER2+ (human epidermal growth factor receptor 2),
ER/PR+ HER2—, ER/PR— HER2+, or ER/PR—HER2—.

Outcome variablesfor patientswith lung cancer included clinical
trial availability, whether they were a new or existing patient
at diagnosis, tumor stage, histology of the lung, nodal lung
status, metastatic status, and recurrence status. Clinical trial
availability was recorded as yes or no depending on whether a
clinical trial was available. Metastatic status was recorded as
yes or no. Recurrence status was recorded as recurrent or
nonrecurrent. Lung histology was recorded as adenocarcinoma,
bronchoalveolar, sguamous cell carcinoma, small-cell
carcinoma, or mesothelioma. Tumor stage was recorded as TO,
T1, T2, T3, or T4. Lastly, nodal lung status was recorded either
positive or negative.

Ethics Approval

The University of Kansas Medical Center granted approval
under a central IRB with reliance by the other institutions
(STUDY 00002341).

Results

A total of 2258 patients with breast cancer and 1347 patients
diagnosed with lung cancer were screened across 9 sites from
October of 2014 to December of 2020. Some common reasons
why patients were not able to participate in clinical trials are
described in Multimedia Appendix 2. As stated previously, we
sought to assessthe relative availability of clinical trials between
rural and urban patients. Additionally, we analyzed the relative
incidence of certain cancer disease features between these two
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populations. Theseresults are detailed in Multimedia Appendix
3.

Among patients with breast cancer, we noted significant
differences in clinical trial availability between rural-urban
categories. For urban residents, 177 (18.7%) of the 945 patients
with breast cancer were eligiblefor aclinical trial based on their
portfolio. Compare thisto rural residents, where 79 (6.01%) of
1313 patients were eligible for aclinical trial. A Cohen d value
of 0.7 represents a medium effect between the rural and urban
groups when it comes to clinical trial availability. Using the
Cohen d calculation formula, this would mean that an urban
patient who has breast cancer would be 3.56 morelikely to have
an available clinical trial for their cancer type compared to a
rural patient with breast cancer. This suggests that an urban
participant diagnosed with breast cancer had higher odds of
finding a potential clinical trial compared to a rural patient
diagnosed with the same condition. Hospital Location
Rural-Urban Category (HLRUC) had asmall effect on whether
a patient was a new or existing patient at the time of diagnosis
(Cohen d=0.2), suggesting slightly higher odds that a rural
patient would be a new patient at the time of diagnosis. Health
risk control did not display an effect on either the stage of breast
cancer or breast histology. For both outcomes, the Cohen d was
0.1. Health risk control displayed a small effect size (Cohen
d=0.2-0.4) on nodal breast status, metastatic status, recurrence
status, stage of breast, and hormone of breast. This suggests
dlightly higher oddsfor theincidence of these outcomes among
rural patients diagnosed with breast cancer.

Among patients with lung cancer, there was a similar disparity
inclinical trial availability. For rural patients with lung cancer,
84 (10.5%) of 798 patients had an available clinical trial. For
urban patients with lung cancer, 140 (43%) of 325 patients had
an available clinical trial. The residence category resulted in a
Cohend of 0.8, which would mean that urban patientswith lung
cancer were 4.268 timesmorelikely to have an availableclinical
trial. HLRUC had a small effect on the incidence of lung
histology categoriesincluding adenocarcinoma, bronchoalveolar,
small-cell carcinoma, and mesothelioma. HLRUC did not
influence the lung histology category of squamous cell
carcinoma. HLRUC had a small effect on incidence of the T1
stage of lung cancer (Cohen d=0.2) but had no effect on the
incidence of other stages. HLRUC had no effect on nodal status
(Cohen d=0.1), and a small effect on metastatic status (Cohen
d=0.2). HLRUC had a medium effect on recurrent status of
patients with lung cancer (Cohen d=0.6), suggesting a higher
odds of recurrent lung cancer among rural patients.

Discussion

Key Findings

Our results suggest that clinical trial availability was greater for
urban patients with breast cancer and lung cancer than it was
for their rura counterparts. It stands to reason that the benefit
of expanding clinical trial availability to rura patients could be
significant for an already underserved population. Since the
screening was a part of the data gathering process, the effect
size could also potentially be due to fewer study options that
are available at the rural sites. Stringent eligibility criteria are

https://cancer.jmir.org/2022/2/e33240
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a long-standing barrier in cancer trial participation, and there
have been recent initiatives to reevaluate and broaden clinical
trial availability [15,16]. Broadening the criteria has multiple
benefits such asimproved clinical trial participation, reflecting
larger patient population and increasing patient access to new
investigational treatment [17]. Even after initial prescreening,
the participants might have to undergo a set of |abs before they
are officially enrolled into the clinical trial. Costs for these
additional labs or exams might not be covered by the clinical
trial sponsor and might discourage participants from even
entertaining the idea of participation into these trials [18].
Subsequent studies should consider barriers to clinical trial
participation in the context of cancer stage as well as current
factors. In cases where the participants diagnosis is in an
advanced stage, they have very fewer clinical trial opportunities
because of fewer advanced stagetrials and the aggressive nature
of the disease[19]. Thetime-sensitive nature of advanced stage
cancer incentivizes physicians to begin treatment as quickly as
possible instead of searching for potential clinical trials. When
there are additional barriers complicating clinical tria
participation, this could make clinical trials particularly
unavailable for patients in an advanced cancer stage.

Apart from the clinical trial availability metric, our keen focus
wasto assessif patientswho seek carein rural areas might differ
in care, which could potentially lead to malignancy of cancer
or adiagnosis of a late stage. Our analysis indicated that the
prevalence of certain cancer features was similar between
populations seeking care at rural and urban centers. However,
thelimited sample size of patientsat rural locations could affect
the interpretation of these results. More data from rura
populations, aswell astheinclusion of additional factorsin the
screening process, will be required for future analysis.

Recent studies suggest that involving primary care physicians
in the conversation of clinical trial participation can encourage
rural patientsto see cancer trials asatreatment option [20]. For
rural participants who are diagnosed with cancer for the first
time, they may lack the experience and information to decide
what treatment options suit them. This can exacerbate the
already present barriers to clinical tria participation for these
patients. If information on clinical trial options is provided to
them by a primary care physician or other familiar health care
worker, they may be more receptive to aternate treatment
optionssuch asclinical trial participation [21]. In thisway, some
of the individual and personal barriers to clinical trial
participation can be alleviated.

Multimedia Appendix 2 illustrates some of the common reasons
why participants were not able to find an appropriate clinical
trial that suitstheir profile. Additionally, if they were qualified
for study participation and decided not to participate, those
reasons have been documented as well. Among both the breast
and the lung cancer group, the major screening failure reason
has been the performance status or the ECOG (Eastern
Cooperative Oncology Group) status. The ECOG status is a
frequently used measurein clinical trial planning, which details
apatient’s ability to carefor themselves, aswell astheir mobility
and activity levels. Typically, most trials under their inclusion
criteria look for participants who have a lower performance
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status; ahigher performance status would mean they arelimited
self-care or need additional support [22].

Asmentioned previoudly, multiple diseasetrial swere considered
to be available trias for patients with lung cancer and those
with breast cancer. While the lack of specificity in these trials
allows for greater accessibility, the broadness of their typical
premise meansthe potential benefits of participation are limited.

Some of the common reasons why the patient decided not to
participateincludes“time concern,” “travel concern,” “insurance
denial,” “study logistics,” “language barrier,” “social,” and
“physician didn’t offer.” One of the low hanging fruits that can
be easily addressed from the above barriers is to educate the
physicians at these sites and provide them with acomprehensive
list of studies that suits their patient’s profile. For this very
reason, KUCC has developed a mobile app also known as
“Clinical Trial Finder App” that can be used by any physician
to easily screen or refer apatient whilethe patient isin the clinic
with them [23,24].

Limitations

Due to the data limitation, we are unable to assess if the
screening rate varies by site or based on race or ethnicity. Asa
future project, our team proposes to find ways to collaborate
with these sites to gain additional demographics and clinical
information to dive deeper into understanding the varioustrends.
Another major limitation of the study wasthat hospital location
was used as a surrogate for patient residence. In future studies,

Mudaranthakam et d

it would be beneficial to gather dataon actual patient residence
in order to determine urban or rural residence categories. The
screening estimates might be on the lower end, as some of the
screened patients who did not follow the standard screening
procedures could have been excluded from the data capture
system.

Conclusion

Even in this day and age, we continue to observe barriers that
discourage participants from participating in clinica trials.
Additionally, the health care availability gap between rural and
urban participantsiswidening, which limitsthe generalizability
of clinical trials for rura participants. Technological,
therapeutic, and medical practice advances have had very little
impact on reducing these barriers. A few of the notable barriers
include lack of personnel to screen participants, lack of
technology, commuting issues, and differences among the
population characteristics. We as a cancer center strive to
continue educating our clinical teamsat therural sitesabout the
potential referral opportunities. Future policy makers must
consider moretargeted programsthat facilitate the participation
of rural patients. Thisapproach must be multifaceted, involving
earning thetrust of rural patients, providing resourceto facilitate
clinical trial participation, disseminating the right information,
and continuing to engage and adapt to the dynamic rural
environment. Additional support must be provided to encourage
clinical trial participation through resources such as
transportation, childcare, and tax credits, among others.
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Abstract

Background: The genomic frontier continues to revolutionize the practice of oncology. Advances in cancer biology from
tumorigenesisto treatment resistance are driven by the molecular underpinnings of malignancy. Theframing of precision oncology
as both a clinical and research tool is constantly evolving and directly influences conversations between oncologists and their
patients. Prior research has shown that patient-participants often have unmet or unrealistic expectations regarding the clinical
utility of oncology research and genomic sequencing. This indicates the need for more in-depth investigation of how and why
patients choose to participate in such research.

Objective: Thisstudy presents aqualitative ethical analysisto better understand patient and provider perspectives on enrolIment
in precision oncology research.

Methods: Paired semistructured interviews were conducted with patient-participants enrolled in a prospective head and neck
precision oncology research platform, along with their oncology providers, at a National Cancer Institute-designated academic
cancer center.

Results. There were three major themes that emerged from the analysis. (1) There are distinct and unique challenges with
informed consent to precision medicine, chiefly involving the ability of both patient-participants and providers to effectively
understand the science underlying the research. (2) The unique benefits of precision medicine enroliment are of paramount
importance to patients considering enrollment. (3) Patient-participants have little concern for the risks of research enrollment,
particularly in the context of alow-burden protocol.

Conclusions:  Patient-participants and their providers offer complementary and nuanced perspectives on their motivation to
engage in precision oncology research. This reflects both the inherent promise and enthusiasm within the field, as well as the
limitations and challenges of ensuring that both patient-participants and clinicians understand the complexities of the science
involved.

(JMIR Cancer 2022;8(2):e35033) doi:10.2196/35033
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oncology research platform; precision oncology; head and neck oncology; academic cancer center; semistructured interview;
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Methods

The genomic frontier continues to revol utionize the practice of
oncology. Advances in cancer biology from tumorigenesis to
treatment resistance are driven by the molecul ar underpinnings
of malignancy, and the framing of precision oncology as both
aclinical and research tool is constantly evolving. Introspection
iswarranted to examine how conversations between oncol ogists
and their patients may be affected.

Studies have assessed the motivations of research participants
enrolling in genome sequencing research, such asthe HealthSeq
[1] and ClinSeq [2] projects, and reflected the tension between
the risk and potential reward that these platforms offer.
Additional studies have explored the perspectives of
pati ent-participants enrolled in precision oncol ogy studies, many
of whom reported unfilled expectations [3]. These
patient-participants also reported a higher level of perceived
utility of the study at the time of enrollment than after
enrollment. Specifically, their expectationsthat participationin
a genome sequencing study would affect future health and
medication decisions were not frequently met [4].

These studies all indicate the need for more nuanced questions
and perspectives. As one study states, “Further evaluation of
whether and how family members and close contacts were
involved in the patient’'s decision to pursue or decline
sequencing, and any discussion with family membersand friends
preceding sequencing, may help to elucidate how these dynamics
affect decision-making” [5]. A key component when asking
these questions is to address the unique concerns in this field
of research. For example, precision oncology has a more
established clinical utility in certain cancers than others.
Moreover, the role of germline mutations is de-emphasized in
many cancers, which may confuse how patients consider the
issuesof heritability and familial risk. In addition, cancer stage,
prognosis, and recurrence will all invariably impact how
patients, many of whom are affected by cancers considered to
be terminal, will consider the prospect of using “cutting edge
science” to savetheir lives. Thisis particularly true when most
precision oncology platforms to date have had, at best, modest
impact on survival outcomes.

Our aimisto better understand patient and provider perspectives
related to the decision to enroll in a low-burden precision
oncology protocal. In this study, we employed a qualitative
embedded ethics protocol involving semistructured interviews
of both adult patients with head and neck cancer enrolled in
precision medicineresearch and their clinicians. Thisstudy was
nested within a prospective precision oncology study at one
institution, a National Cancer Institute-designated academic
cancer center. Two other articles have been derived from the
interview data set, one focused on patient and provider
perspectives on enrolling in head and neck cancer research [6]
and the other on commercialization of cancer genomic data[7].
Herein, we focus specifically on patient and provider
perspectives on enrollment in precision oncology itself.

https://cancer.jmir.org/2022/2/e35033

Overarching Study Design

Thisinquiry ran alongside the overarching study, “ Developing
Precision Medicine Protocols for Head and Neck Cancer
MiOtoSeq (Michigan Otolaryngology and Trandational
Oncology Sequencing Center),” an institutional review
board-approved precision medicine study in the Michigan
Medicine Department of Otolaryngology-Head and Neck
Surgery [8]. Patient-participants enrolled in MiOtoSeq were
adults with biopsy-confirmed cancer of the head and neck who
were counsel ed and consented to participate in upfront, targeted
genomic research sequencing of their tumors and germline
tissues. In conjunction with the MiOtoSeq study, we embedded
thisqualitative ethics protocol to better understand and compare
perspectives on their involvement in precision oncology
research. Specifically, we were interested in the motivations of
patients and providersto enroll in the research.

Interviews

A subset of the MiOtoSeq patient-partici pants were purposively
sampled for interviews based on demographic and clinical
factors to ensure a diverse variety of experiences. All patients
participated in a 1-hour interview conducted by researchers
trained in semistructured interviewing techniques [9]. All
interviews were conducted in 2018.

Theinterviewswere audiorecorded, transcribed by athird-party
service, and deidentified. All interview files were stored on an
institutionally supported secure storage platform. In these
interviews, participating patients and clinicians were asked a
variety of questions related to the goals of precision medicine
research, therisks and benefits asthey perceived them, and their
experience with the MiOtoSeq enrollment and consent process.

This analysis includes responses from a total of 20 interviews
from 10 patients and 8 clinicians. In the cases of 2 physicians,
each had treated 2 patients and we conducted 2 separate
interviews with the physicians to focus on each patient.
Patient-participants were recruited until thematic saturation was
achieved [10] and then their physician was recruited for
comparison purposes. One of the cliniciansis an author of this
analysis, and his interview responses were excluded from
guotation. Once the interviews were underway, team members
(KSB and MK) iteratively developed the codebook [9].
Transcripts were inductively and deductively double-coded (by
MK and CK) and discordances were reconciled (KSB). Please
refer to our previous publication for more detail regarding these
methods [6]. For the purposes of this article, gender pronouns
for clinicians and patient-participants were randomly selected
for additional privacy.

Ethics Approval and Consent to Participate

Approval was obtained from the ethics committee of the
University of Michigan (HUMO00085888). The procedures used
in this study adhere to the tenets of the Declaration of Helsinki.
Informed consent was obtained from all individual participants
included in the study.
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Results

Theme 1: Challenges With Informed Consent to
Precison Medicine

Many patient-participants stated that their background
knowledge of genetics came from media or television. For
example, several patient-participants cited the movie Jurassic
Park, coverage of “test tube babies,” or the Discovery Channel
as their main source of genetic information. As one
patient-participant put it, their awareness began “when Francis
(or was it Crick?) first started the Human Genome Project”
(Patient [P] 05). As one clinician aptly joked, “I think most
patients don’t understand [genetics], because | barely do in a
lot of ways’ (Clinician [C] 10).

Many clinicians were concerned that the patients’ lack of
understanding of genetics, and research in general, might lead
to conflations between clinical careand enrollment in aprecision
medicine protocol. For patients without a strong grasp of the
basics of genetics, the nuanced potential benefit of precision
oncology—where clinicall care and research may be
blurred—was complex to understand. For example, the doctor
of one of the patient-participants who said he had learned about
geneticsfrom Jurassic Park admitted that although he explained
to the patient that thiswas not atherapeutic tria, “...maybe he
didn’t get that. | don’t know [laughs]” (C02). Ancther doctor
added, “I don't know if [my patient] actually understood,
because patients express understanding of almost everything |
say...” (CO3). Other clinicians seemed reassured that patients
at least understood that the research would not change their
clinica care or help them directly. However, despite one
clinician stating that he thinks “the persona reward for any
individual patient isvery low” (C11), his patient stated that her
expectation from participating in the study was that it “might
save my life” (P11).

Other clinicians emphasized theinherent vulnerability of patients
in a clinical oncology visit and how that might compound
confusion or inadvertent exploitation. Of note, although the
clinicianswere MiOtoseq coinvestigators, consent for enrollment
into the study was obtained by a dedicated study coordinator.
Oneclinician described her realization that “most patientsdon’t
understand genetic sequencing and simply sign something
because we give [it to] them in a very vulnerable situation”
(CO7). She went on to describe asking patients to enroll in
research during aclinical care visit as “really not an informed
consent process.” Anaother clinician agreed that his patientswere
“more worried about not passing away from [the cancer] as
opposed to having their sequencing done” (C10). As a patient
affirmed, “In the whirlwind of things...l really didn’t think
about [enrolling in research] too much...1 just consented” (P11).
However, a different patient-participant described the benefit
of learning about precision medicine in the clinical context:
“Wow, you know, 1'd like to know more about myself...and
my genetic makeup and kind of what went wrong...” (PO8).

https://cancer.jmir.org/2022/2/e35033
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Theme 2: Unique Benefits of Precision M edicine
Enrollment

Many patient-participants were excited about the promise of
precision medicine research specifically, referring to current
cancer treatment optionsas“archaic.” They described precision
medicine as“thefuture,” and severa expressed hopefor finding
acure for cancer.

| think that we have no idea of what we're doing right
now. We're dabbling a foot in the pool, but once we
get all the way into that pool, | think we're going to
have some serious answers. [PO7]

Patient-participants were less clear about potential benefits to
themselvesin enrolling in precision medicine research. Although
the majority noted that they realized the research was not
primarily for their own benefit, many held out hope for the
“teeny, teeny, teeny, teeny possibility [that] it could help me’
(PO7). Several patient-participants specifically described hoping
that the research could help them if their cancer came back in
thefuture. Clinicians appeared generally aware of their patients
aspirations to have their cancer cured, which one described as
a*“common coping strategy” (C07). Although, asoneclinician
said, he explainsto patientsthat the research could not possibly
affect their clinical course, “when it takes 14 monthsto get the
sequencing back!” (C02).

More uniquely related to a precision medicine protocol than
other types of clinical research, many patient-participants also
described that research participation might help their blood
relativesin the future and protect them from “what isinside me
that came from my ancestors...” (P04). Almost al spoke about
protecting their family and children through research enrollment,
with one patient-participant stating that they “would do anything
to make sure they [their children] don’t go through this’ (P08).
Another described this altruistic legacy as “a way for me
watching out for my family later on when I’'m gone” (P07).
Another added: “| would hope that this could help, you know,
my family first and then out into other people” (P09). Notably,
some of these themes might relate to other novel cancer research
platforms and are not necessarily specific to precision oncology
itself.

Theme 3: Risks of Research Enrollment

Although patient-participants overwhelmingly spoke of hope
and the potential benefits of precision medicine research, the
majority of those who spoke of risks only brought them up to
dismiss them. Many discussed how enrolling in a precision
medicine protocol had no additional risk or burden to themselves
and did not involve much effort or downside: “If there's
something that really doesn’t causeyou any...discomfort, really
takes up very little of your time, if down theroad 30 or 40 years
from now, that could really affect peoples’ lives, you know,
why wouldn't you want to do that?” (P09). One
patient-participant also discussed the convenience of being able
to complete everything in the same visit; he said that if thetrial
required extravisits, he probably would not have enrolled.

If patient-participants or their clinicians mentioned specific
risks that concerned them, the most common was finding out
information that the patients might not want to know. One
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patient-participant described these potential secondary findings
as both “a shield and a sword” (P05). She added, “I can’'t see
that ignorance could possibly benefit you...other than a bit of
bliss| suppose.” Another patient-participant dismissed the risk
of finding out unwanted information thisway: “Life has twists
and turns. We don’'t have a clue what’s going to happen, but
are we going to hold back positive for the thought of a
negative?’ (PO7). Another concluded that he was already 70
years old, so he did not need to worry about genetic
discrimination or being fired from his job. This common
dismissal of therisks of research enrollment might relate to the
genera lack of understanding of genetics as highlighted in
Theme 1.

Interestingly, the most common risk described by clinicians
was not related to stumbling upon an affirmative genetic finding
that patients might not want to know about, but quite the
opposite—that of not understanding what an abnormal variant
meant for their patients in the first place. This relates to an
altogether different category of risk related to transgressions of
professional duty. One clinician described precision medicine
research as having to be “comfortable with that uncertainty”
(C08). Another clinician bemoaned that scientific advancement
regrettably may lead to recognition of missed diagnoses, if they
“look back in 5 years, and you didn’t even know the germline
mutation that was bad was a bad one then, right?...Even if you
didn't know it was bad, should you have told them that
something could be there?’ (C10).

Discussion

This analysis uniquely matches the perspectives of
patient-participantswith their corresponding clinicians, offering
insight into the influence of the doctor-patient relationship on
precision oncology research enrollment and satisfaction. Our
findings highlighted nuanced challengeswith informed consent
to precision medicine, uniquely perceived benefits of precision
oncology, and relatively discounted risks related to genomic
discovery.

One key component of our findings relates to ensuring that
patients have the capacity to fully understand the research to
which they are being asked to consent. Specifically, although
many patient-participants stated that they understood the basics
of the science, the background they cited waslimited to popul ar
media and fictionalized interpretations, indicating low true
genomic health literacy (defined as “the capacity to obtain,
process, understand, and use genomic information for
health-related decision making” [11]). The relative lack of
genomic health literacy among patient-participants raises
concerns for the maintenance of their underlying autonomy
throughout the enrollment process and beyond.

A component of this genomic health literacy important to the
process of informed consent is understanding the limitations of
genome sequencing, acompetency that has been associated with
high levels of education [12]. For example, thereis still alack
of common understanding of the term “actionable,” and there
are differences in understanding “between patients and
clinicians, with patients expecting more personal benefits to
come from actionable results” [13]. Actionability generally

https://cancer.jmir.org/2022/2/e35033
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relates to recognition of a germline mutation with implications
for relatives, as well as identifying clinically prognostic
biomarkers and biological targets to be used in the patient’'s
treatment. In head and neck precision oncology both remain
rather rare; thus, there are more nebul ous outcomes than direct
benefits of enrollment at this stage.

Of the patients that do experience decisional conflict when
enrolling in genomic sequencing, this phenomenon isassociated
with lower health literacy and a lack of experience with prior
genetic testing [14]. Unfortunately, disparities in baseline
genomic knowledge often persist longitudinally, despite the
offering of educational materials and genetic counseling
opportunities [15]. In this study, clinicians noted several times
that theinherent vulnerability of their patientsto both structural
and individual coercion, or at least undue influence, to enroll
inresearch wastied closely to clinical caregiving. Past research
has demonstrated that framing potential benefits as aspirational,
direct, and collateral can help clarify the otherwise complex
relationship between research and clinical care in this space
[16,17]. Our findings are consistent with these, confirming the
need for better strategies to educate and counsel patients and
participants alike.

The benefits of obtaining high genomic health literacy are that
greater baseline knowledge of genomics has been associated
with lower levels of distressrelated to participating in agenome
sequencing study and higher levels of understanding of the
study. Ensuring that both clinicians and patient-participants
understand the risks and benefits of research participation can
serve to clarify decisions and better enable prospective
participants to honor their autonomy.

Although informed consent has been shown to improve
knowledge about both the limitations and benefits of genome
sequencing in a variety of settings [4,12], many oncologists
have little familiarity with newer genetic technologies and have
alow level of genomic literacy themselves, as severa of our
clinician interviewees admitted [18]. Clinicians without
backgrounds in genetics also report difficulty understanding
and communicating genomic terminology and the volume of
complex information yielded from genomic sequencing studies
[19]. If clinicians have a limited understanding of genetic
sequencing studies, they may be uncomfortable communicating
the goals or results of these studiesto their patients. This could
lead to lower levels of physician satisfaction and less
participation in future studies [18]. This tension was noted by
the clinicians interviewed herein as well, despite the fact that
they are all engaged in academic research in this field.

The theme of altruism is also prominent in studies exploring
subjects’ motivations to engage in genetic research [20]. In the
broadest lens, this reflects contributing to the generation of
generalizable knowledgeto hel p future patients—the cornerstone
of clinical research itself. However, this concept is far more
nuanced when considering the distinctions between germline
and somatic mutations [21]. In this study, in which somatic
mutations are far more common than germline mutations in a
head and neck cancer cohort, the likelihood of family members
benefitting directly from the research is lower. An intriguing
ethical analysis reconceptualizes participation in precision
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medicine “as inextricable from social relationships and their
ongoing ethical obligations. Going beyond altruism, reframing
biospecimen and data collection in terms of socialy regulated
gift-giving recovers questions of responsibility and care...and

Spector-Bagdady et al

important to note that the findings reported here represent the
views of a specific group of clinicians and their
patient-participants. Further research iswarranted to generalize
their experiences. Nevertheless, this study reflects the

underscores ethical commitments to reciprocity and
responsibility” [22].

participants’ excitement to be a part of cutting-edge research,
as well astheir inherent altruistic tendencies. This enthusiasm
should still be tempered with realistic expectations, and better
systems should be created to educate cancer patients turned
participants about the precision medicine.

In summary, patient-participants and their providers offered
complementary and nuanced perspectives on their motivation
to engage in precision head and neck oncology research. It is
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Abstract

Background: The advancement of cancer research has been facilitated through freely available cancer literature, databases,
and tools. The age of genomics and big data has given rise to the need for cooperation and data sharing in order to make efficient
use of this new information in the COVID-19 pandemic. Although there are many databases for cancer research, their accessis
not easy owing to different ways of processing and managing the data. There is an absence of a unified platform to manage all
of them in atransparent and more comprehensible way.

Objective: Inthisstudy, animproved integrated cancer research database and platformis provided to facilitate a deeper statistical
insight into the correl ation between cancer and the COV1D-19 pandemic, unifying the collection of almost al previous published
cancer databases and defining a model web database for cancer research, and scoring databases on the basis of the variety types
of cancer, sample size, completeness of omics results, and user interface.

Methods: Databases examined and integrated include the Data Portal database, Genomic database, Proteomic database, Expression
database, Gene database, and Mutation database; and it is expected that this launch will sort, save, advance the understanding
and encourage the use of these resources in the cancer research environment.

Results: To makeit easy to search valuable information, 85 cancer databases are provided in the form of atable, and a database
of databases named the Cancer Research Database (CRDB) has been built and presented herein. Furthermore, the CRDB has
been herein equipped with unique navigation tools in order to be explored by three methods; that is, any single database can be
browsed by typing the namein the given search bar, while all categories can be browsed by clicking on the name of the category
or image expression icon, thus serving as afacility that could provide all the category databases on asingle click.

Conclusions:  The computational platform (PHP, HTML, CSS, and MySQL) used to build CRDB for the cancer scientific
community can be freely investigated and browsed on the internet and is planned to be updated in atimely manner. In addition,
based on the proposed platform, the status and diagnoses statistics of cancer during the COV I D-19 pandemic have been thoroughly
investigated herein using CRDB, thus providing an easy-to-manage, understandable framework that mines knowledge for future
researchers.

(JMIR Cancer 2022;8(2):e35020) doi:10.2196/35020
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Introduction

Cancer is a category of diseases causing irregular cell growth
with the ability to infiltrate or spread to other areas of the body.
As of 2019, approximately 18 million new cases are reported
per year [1], among which 22% of cancer deaths are caused by
tobacco use and 10% are caused by obesity, an unhealthy diet,
alack of physical activities, or excessive alcohol use[2]. Inthe
past 2 or 3 decades, recent data have shown that approximately
5%-10% of cancersare caused by genetic disorders[3]. Patients
with cancer seem to exhibit exacerbated conditions and ahigher
mortality rate when exposed to the virus [4]. The COVID-19
pandemic has spread over the world. Asin 18 October 2021,
there have been 219 million confirmed cases and 4.55 million
deaths worldwide, with the number of cases continuing to rise
in 216 countries [5]. Patients with cancer are thought to be
particularly prone to SARS-CoV-2 infection and the
devel opment of more severe COV1D-19 symptoms, which could
be related to a systemic immunosuppressive condition caused
directly by tumor growth and indirectly by anticancer therapy’s
side effects[6]. Infection can affect people of various ages, but
in most situations, disease severity is linked to age limit and
pre-existing disorders that decrease immunity, such as cancer.
COVID-19 has been linked to an increased risk of severe
sickness and death among patients with cancer, according to
several studies[7]. Brunello et a [8] suggested that peoplewith
cancer are faced with two challenges that potentially lead to
death: one is from getting cancer and the other is
COVID-19—the latter resulting from undertreatment or
overtreatment conditions. Initial investigations revealed that
patients with cancer were more likely to contract the virus and
become infected with COVID-19.

Because of the effects of antineoplastic therapy, supportive
drugs including steroids, and the immunosuppressive qualities

https://cancer.jmir.org/2022/2/€35020

of cancer, people with cancer could be immunocompromised
[5]. The advancement of modern genomic technology—such
as microarrays, proteomics, transcriptomics, and gene
segquencing—and the serious situation resulting from the
COVID-19 pandemic have resulted in the generation of ahuge
amount of data [9,10]; therefore, the first challenge of these
multi-omics cancer and COVID-19 data was the design and
usage of electronic databases to store and manage the large
amount of knowledge [11]. A number of databases have been
published in this research area, which have explained the
wide-ranging information about cancer research and COVID-19
[10,12-16], such as The Cancer Genome Atlas (TCGA),
RespCanDB, cBioPortal, Co-19PDB, and ICGC, these databases
have been exploring, analyzing, and visuaizing
multidisciplinary genomics data. Further, we have presented a
comparison table with previously published work, in which we
have noticed a considerable growth in the number of databases,
and we have provided the list of all the cancer databases and
have built a database of the databases named the Cancer
Research Database (CRDB), with theimprovement highlighted
in Table 1. To make it easier for researchers and the scientific
community, awell-organized and easily accessible platform is
required, where al cancer research data can be accessed with
asingle click. To that end, we have gathered aimost all cancer
databases and classified them into six categories based on data
types. Data Portal database, Genomic database, Proteomic
database, Expression database, Gene database, and Mutation
database; this would provide an easy way to search data, and
users can directly type the name of the needed databases in the
search bar or can click the required category, which will lead
them to al the databases with a single click. In addition, we
have obtained deep insight into the link between cancer and the
COVID-19 pandemic, having explained up and down of cancer,
new cases, death ratios, etc, before and during the COVID-19
pandemic.
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Table 1. Comparison of the Cancer Research Database with other published work.
Database Databases,n  Type Year Component Journal Reference
Cancer research database 98 Database+list 2022 Cancer N/AR N/A
Munich Information Center for 22 List 2011 Different categories Nucleic Acids Research [17]
Protein Sequences
No name 6 Database 2018 Aging Nucleic Acids Research [18]
COVID-19 pandemic database 59 Databasetlist 2021 COVID-19 Computer Methods and [20]
Programs in Biomedicine
Update
Swiss|nstitute of Bioinformat- 12 Database 2016 Different categories Nucleic Acids Research [19]
ics
Human cancer databases 58 List 2015 Cancer Oncology Reports [20]
No name 38 List 2014 Hepatology Journal of Hepatology [21]
LiverAtlas 53 Databases 2013 Liver Liver International [22]
No name 16 List 2015 Cancer Genomics, Proteomics&  [3]

Bioinformatics

3N/A: not applicable.

Previously, we have published severa articles in well-known
journals, such as the database of Phospho-sitesin Animals and
Fungi [23] in Scientific Reports, the Circadian Gene Database
[24] in Nucleic Acids Research, Co-19PDB [10] in Computer
Methods and Programs in Biomedicine Update, DataBases
relevant to Human Research [25] in Future Science and
DataBase of Plant Research [26]; we have provided 15 databases
to the scientific community during the COVID-19 pandemic,
which can be accessed on the internet [27].

Methods

Construction of the CRDB and Content

Weintegrated the datafrom multiple different sourcesincluding
PubMed, Google, Google Scholar, etc. We used various

keywords such as “Cancer database,” “cancer database list,”
and “database of cancer” as search termsto retrieve published
cancer-related databases with the help of PubMed. To
circumvent missing data, we have manually collected the latest
cancer databases from Nucleic Acids Research, and Genomics,
Proteomics & Bioinformatics, which are the leading journals
on the database issue. We only collected all cancer databases
and have removed all nonfunctional links and programming
platforms such as PHP, MySQL, HTML, CSS, and JavaScript
have been used to construct the CRDB. Figure 1 shows al the
procedures of our database. Finally, we provided acompressive
cancer research database to the scientific community, whichiis
easy to operate and will be updated over time.

Figure 1. Flowchart and procedurefor the collection and integration of cancer databases and the construction of the Cancer Research Database (CRDB).
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Database Classification

Several articles have been published in this research area
[28-30], each hasitstheir own classification of databases based
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onitsfunction, application, technological feature, and organism,
such as human and mouse [29], Plant [26], Drosophila [31],
fungi, COVID-19, etc. According to such published works, we
have also classified the cancer databases into six categories:
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Data Portal database, Genomic database, Proteomic database,
Expression database, Gene database, and Mutation
database—their details are given bellow.

Expression Databases

In cancer expression databases, the expression levels of
thousands of genes can be continuously measured under
particular experimental environments and conditions resulting
from marked advancements in DNA microarray technology.

Ullah et al

This technology made it possible to understand life at the
molecular level, and enables us to generate large-scale gene
expression data. It has also been applied in a wide range of
applications such as cancer prediction, diagnosis, and drug
discovery, which are very important issuesfor cancer treatment
[32]. Some well-known expression databases including
BioXpress[33], miRCancer [34], and Gene Expression Database
[35] are shown in Figure 2A.

Figure 2. Main pages of some commonly using cancer databases. (A) A screenshot of the Expression Database named GXD, (B) a screenshot of the
Data Portal category named CNVs (copy number variations), (C) “|ARCTP53": adatabase of the Gene category, (D, E, and F) main pages of Proteomic

database, Mutation database, and Genomic database respectively.
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Data Portal Databases

Data Portal is a type of database that provides comprehensive
genomic, epigenomic, transcriptomic, and proteomic data. a
large number of data are publicly available for anyone in the
research community and are used to diagnose, treat, and prevent
cancer [12]. There are different published databases such as
The European Genome-phenome Archive (EGA), which is a
data center for al types of sequencing and genotyping
experiments. Almost 58% of al studiesin the EGA arerelated
to cancer [36]. The “CanEvolve’ database fulfills the need for
data integration and interpretation. It contains data from 90
studies involving more than 10,000 patients. Data analysis can
be performed at different levels: primary analysis including
MRNA, microRNA (miRNA), and protein expression, genome
variations, and protein—protein interactions; integrative analysis
of gene and miRNA expression, gene expression, and copy
number variations, and gene set enrichment analysis; network
analysis; and survival analysis [37]; the main page of this
database is shown in Figure 2B.

Gene Databases

Gene databases collect various types of gene data and
information related to cancer [38] and also provide help to
researchersin understanding the genetic architecture of complex
diseases and improve the accuracy of diagnosis and the
effectiveness of therapy [39]. Various databases have been
published such as the “IARCTP53” shown in Figure 2C; this
database compiles various types of data and information on
human TP53 variations related to cancer [38]. The “TGDBS’
gene database includes mechanisms of oncogenic activation,
regulation, frequency of involvement in various tumor types,
and chromosomal location. Data about the encoded proteins
includes the cell type in which they are found, subcellular
location, DNA-, protein-, and ligand-binding, role in
development, and normal biochemical function [40].

Proteomic Databases

Cancer proteome databases encompass tumor tissues, cells, and
biological fluids to interpret signaling pathways, identify
signatures related to tumor initiation, invasion, and metastasis,
and determine analytical, predictive, and prognostic markers
[41], and a so help determine the molecular detail s of proteome
differentiation in various human tissues and organs, thus greatly
improving our understanding of disease and human biology
[23,42]. A number of databases have been published in this
research areasuch asthose shown in Figure 2D: “ CanProVar” is
designed to store and display single amino acid alterations
including both germline and somatic variations in the human
proteome, particularly those related to the genesis or
development of human cancer based on the published studies
and sources [43].

https://cancer.jmir.org/2022/2/€35020
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Mutation Databases

Mutation databases play an important role in science,
diagnostics, and genetic health care and can play avita rolein
life and death decisions. These databases are extensively used,
but only gene- or locus-specific databases have been previously
reviewed for their utility, accuracy, completeness, and currency
[44]. Mutations in the tumor suppressor gene TP53 are
associated with avariety of cancers[45]. More than 50% of the
human tumors harbor TP53 mutations, resulting in acollection
of over 45,000 somatic and germline mutations in the
UMDTP53 database, as shown in Figure 2E. Analyses of these
mutations have been helpful for improving our knowledge on
the structure-function relations within the TP53 protein [46]. A
number of databases have been published in thisresearch area,
which are of marked utility in the scientific community.

Genomic Databases

The Cancer Genome Database represents one of numerous
international groups dedicated to performing wide-ranging
genomic and epigenomic studies of selected cancer types to
develop our understanding of disease and provide an
open-access resource for international cancer research [47].
This database is aimed at improving the understanding of the
molecular basis of cancer development [48]. Several databases
have been published in this research area; for example, the
MethCNA comprehensive database for genomic datain human
cancer (Figure 2F). Per amost recent publication, this database
contains approximately 10,000 tumor samples covering 37
cancer types. All the data were collected from the TCGA and
the National Center for Biotechnology Information and were
evaluated using a pipeline that combined multiple computational
resources and tools [49]. BioMuta is a single-nucleotide
variation and disease association database where variations are
mapped to genomes and RefSeq nucleotide entries and are
incorporated through  UniProtKB/Swiss-Prot  positional
coordinates. The recent version of BioMuta contains only
nonsynonymous single-nuclectide variations associated with
cancer [50].

Results and Discussion

Database Statistics

In this work, we have provided almost all cancer databases
(Table S1in Multimedia Appendix 1) and shown the year-wise
growth of the CRDB. Figure 3 shows the magnitude of
category-wise growth of the databases. Table 2 shows the
year-wise growth distribution of cancer databases, which marks
tremendous growth and is an achievement for the cancer
scientific community. Further, we have modified or deleted all
the nonfunctional and inaccessible database links and have
provided a new, updated cancer database in the form of a
database named CRDB and a table (Table S1 in Multimedia
Appendix 1).
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Figure 3. The statistics data of the Cancer Research Database (DB)—distribution of the database category.
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Table 2. Year-wise growth of the Cancer Research Database.
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Usage of the CRDB

The CRDB has been developed to provide an easy and
user-friendly search experience; for easier and faster search,
three options are provided for finding cancer databases. First,
browsing can be carried out by typing the name of the database
in the search bar, which is highlighted in Figure 4A, or by

https://cancer.jmir.org/2022/2/€35020

RenderX

clicking on the name of the category or image expression, which
isshownin Figure4B. with CRDB statisticsaswell, which will
lead to the category list page (Figure 4C), and a brief overview
with the original link of the required search will be accessed by
clicking the needed database. Further, for a specific database
search, the “CT Database” is used as an example from the
expression Databases to make it more user-friendly.
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Figure 4. Browse options of the Cancer Research Database (CRDB). (A) Can be browsed by typing the name. (B) Can be browsed by category name

or image expression. (C) An example and the final result.
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The advancement of cancer research has been facilitated through freely avallable cancer databases
and tools. The age of penomice and big data has given rise to the need for cooperation and data
sharing in order to make efficient use of this new information. Here, we define the web database for
cancer research and score them on the basis of the variety types of cances, sample size, completeness
of omics results, and user interface. The advancement of modern genomic technology such as

microaays, protecmics, ranscriptomics, and gene sequencing has resulted in the generation of &

CTDatabase

Example of Cancer Diagnosis During the COVID-19
Pandemic

As of the previously reported reductions in cancer screening
and other preventive carevisitsduring the COVID-19 pandemic,
the number of new cancer casesin 2020 is likely to be smaller
than anticipated. According to one survey of diagnostic results,
there was a 46% decrease in diagnosis of six different cancers
(colorectal, pancreatic breast, lung, esophageal, and stomach
cancer) from March 1 to April 18, 2020, relative to the period
between January 6, 2019, and February 29, 2020, varying from
a 25% decrease in the detection rate of pancreatic cancer to a
52% decrease in that of breast cancer [51,52]. Another study
found that new CRC diagnoses were 30% lower from January
to mid-April 2020 relative to the same timeframein 2019 [53].
Across the world, similar losses have been noted, including
those in the United Kingdom [54], the United States [54], and
the Netherlands[55]. While these preliminary observations may
provide insight into the pandemic’s effect on cancer diagnosis,
population-based cancer registry evidence and the degree to
which these delays may lead to more advanced-stage disease
will not be available for sometime.
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COVID-19 and Cancer

People with active cancer are more vulnerable to infectious
pathogens as a result of acompromised immune system dueto
the malignancy and its treatment (eg, surgery and
chemotherapy). This has raised fears that COVID-19—related
problems and mortality may be more common among patients
with cancer [56]. According to a 2020 study, patients with
cancer may be at ahigher risk of COV1D-19 than those without
cancer [57]. COVID-19 infection can impact persons with a
wide range of hematologic diseases; however, the risk of
infection islower in patientswith chronic myeloid proliferative
neoplasms such as chronic myeloid leukemia and greater in
persons on immunosuppressive medication [57,58]. A study at
atertiary care hospital in Wuhan, China, reported that patients
with lung cancer above the age 60 years are at a high risk of
COVID-19 locdly [14,58,59] and worldwide [59,60]. It was
also revealed that of the many cancer types, people with lung
cancer who are over 60 years old are especially susceptible to
COVID-19. Although it may seem intuitive that people with a
defective respiratory epithelium are more susceptible to rapid
virus entry into thelungs[61]. Another study shows a decrease
in 6 types of cancer, with the total number of detected cancers
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being 4310 before and 2310 during the COVID-19 pandemic,
with breast cancer ranking the highest with 2208 cases before
and 2310 cases during the COV1D-19 pandemic, followed by
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colorectal cancer at 946 cases before and 840 cases during the
pandemic, and Figure 5 shows details regarding all 6 cancer
databases before and during the COVID-19 pandemic [52].

Figure 5. The number of cancers detected before and during the COVID-19 pandemic.
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Global Cancer Rate

According to American institute for cancer research [62], the
rates of all cancershaveincreased in amost in all countries, the
privation of which is the major task for public health in 2021.
Decreasing the cancer rate involves coordinated and
comprehensive intervention from all facets of society,
particularly the public sphere, civil society, and health and other
occupations. Figure 6 shows the top 10 country-wise cancer
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rate from Oceania, Europe, and North America, in which the
highest rate of cancer was reported in Australia (468.0 people
per 100,000 population). For these 10 countries, the
age-standardized average was at least 320 people per 100,000
population. With 579.9 men per 100,000 population, the
age-standardized average was at least 360 people per 100,000
population, and with 363.0 women per 100,000 population, the
age-standardized average was at least 300 people per 100,000
population.
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Figure 6. Country-wise cancer rate with an age-standardized average (per 100,000 population).
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number of new cancer cases, with breast cancer in women and
New Casesand Deaths prostate cancer in men ranking first (30% cases) and second
The American Cancer Society Cancer Action NetworkSM works  (26%), respectively. Although mortality estimates are shown
worldwide to increase the quality of care for patientswith and  in Table 3, lung and bronchial cancer showed the sameratesin
survivors of cancer. With time and the emergence of new cases  both male and female patients and ranked the highest, followed
worldwide, we have compiled a list of the top 10 cancers by breast and prostate cancer.
diagnosed in the United States in 2021. Table 3 shows the
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Table 3. Rates of new cancers and mortality between male and female patients.

Cancer type New cancers, % Mortality, %

Male Female Male Female
Prostate 26 N/A2 11 N/A
Breast N/A 30 N/A 15
Lung and bronchial 12 13 22 22
Colorectal 8 8 9 8
Urinary bladder 7 _b 4 —
Skin melanoma 6 5 — —
Kidney and renal pelvis 5 3 — —
Non-Hodgkin lymphoma 5 4 4 3
Oral cavity and pharynx 4 — — —
Leukemia 4 3 4 3
Pancrestic 3 3 8 8
Uterine corpus N/A 7 N/A 4
Bra_\i nand other nervous system  — — 3 3
regions
Liver and intrahepatic bile duct — — 6 3
Esophageal — — 4 _
Ovarian N/A — N/A 5

3N/A: not applicable.

b__: not determined.

Conclusions

A biological database providesfacilitiesfor storing, organizing,
and retrieving biological data such as DNA, RNA,
carbohydrates, proteins, and cancers. It can be easily viewed,
managed, and modified. A number of papers have been
published in this research field, which have their own
classification of cancer databases based on their function, use,
certain technical aspects, and on species such as human, mouse,
plant, and fungi. According to such published studies, we have
classified the cancer databases into six categories: Data Portal
database, Genomic database, Proteomic database, Expression
database, Gene database, and Mutation database. Further, we
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Abstract

Background: Accessto exercisetherapy for cancer survivorsispoor. Professional devel opment to support exercise professionals
in delivering these interventions is needed. Few online resources exist for exercise professionals to address this issue.

Objective: To develop and evaluate a freely available online toolkit to support exercise professionals working with cancer
Survivors.

Methods: A 2-phase, experience-based co-design approach was used to devel op and evaluate the online toolkit. The two phases
wereasfollows: 1) needsidentification and co-design of resources and platform and 2) pilot evaluation. Four co-design workshops
were conducted, transcribed, and thematically analyzed to identify key elements for the toolkit. For the pilot evaluation, a
customized survey (the Determinants of Implementation Behavior Questionnaire) was distributed to exercise professionals at
baseline and 3 months after launch of the online toolkit to determine its usability, utility, and effectiveness in improving their
knowledge, confidence, and behavior. Results were reported as the median and interquartile range and changes were calculated
using non-parametric tests. Website analytics described site usage after the initial evaluation.

Results. Twenty-five exercise professionals participated in co-designing 8 key elements of the online Cancer Exercise Toolkit:
the homepage and pages for getting started, screening and safety, assessment, exercise prescription, education, locations, and
resources. For the pilot evaluation, 277/320 respondents (87% of whom were physiotherapists) from 26 countries completed the
survey at baseline, with 58 exercise professional s completing follow-up surveys at 3 months. Exercise professionals’ knowledge,
skills, and confidence in delivering exercise therapy to cancer survivors increased 3 months after baseline (items 1, 6, and 8:
median score 5, IQR 3 to 6) to follow-up (items 1 and 6; median score 6, IQR 5 to 6; item 8: median score 5, IQR 5to 7; P<.001)
onalto7 Likert scale. Most participants (35/44, 80%) agreed or strongly agreed they would recommend thetoolkit to colleagues.
In the 6 months following the pilot evaluation, the toolkit received an average of 866 views per month.

Conclusions: The co-designed online Cancer Exercise Toolkit was a useful resourcefor exercise professionalsthat may increase
their knowledge, skills, and confidence in providing exercise therapy to cancer survivors.

(IMIR Cancer 2022;8(2):€34903) doi:10.2196/34903

https://cancer.jmir.org/2022/2/e34903 JMIR Cancer 2022 | vol. 8 | iss. 2 [€34903 | p.209
(page number not for citation purposes)


mailto:a.dennett@latrobe.edu.au
http://dx.doi.org/10.2196/34903
http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

KEYWORDS

Dennett et d

cancer; website; onlinelearning; professional development; physiotherapy; exercise; cancer survivorship; cancer survivor; digital

health; online health; online toolkit

Introduction

International guidelines support the integration of exerciseinto
cancer careto improve cancer outcomes[1,2]. Well-established
evidence shows exercise therapy can reduce cancer-related
impairments such as fatigue and improve the health-related
quality of life of cancer survivors [1]. Exercise may prevent
development of chronic disease, prolong survival, and prevent
cancer recurrence in some cancer cohorts, such as breast,
colorectal, and prostate cancer [3,4]. Despite compelling
evidence that exerciseisimportant for cancer survivors, access
to specialized exercise therapy programsfor people with cancer
is poor, with just 1 in 200 cancer survivors able to participate
in an exercise-based rehabilitation program in Australia[5,6].

Skilled exercise professionalsare critical for theimplementation
and delivery of exercisetherapy to cancer survivors[7]. Exercise
professionals, including physiotherapists and exercise
physiologists, arewell placed to provide exercise therapy given
their expertise in prescribing exercise and behavior change for
people with chronic health conditions [8,9]. In Australiaalone,
there are over 40,000 registered exercise professionals who
could provide services to people with cancer [10,11]. Despite
their professional training, recent surveys of Australian and
Irish physiotherapists found they lack confidence in providing
care, including exercise therapy, to cancer survivors [12,13].
Education and practical support are required for exercise
professionals to safely and effectively prescribe exercise and
monitor progress according to current cancer guidelines[1].

Exercise professionals may be able to develop and consolidate
their knowledge through attendance of in-person courses and
lectures and passive text-based resources. However, these
knowledge sources may be less effective at improving
knowledge and skillsthan active approaches such as e-learning,
which provide greater flexibility to cater for individual learning
needs [14]. Online material has been shown to be feasible for
educating clinicians about exercise, with multimedia
innovations, such as video, infographics, quizzes, and podcasts,
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enhancing clinician engagement [15]. For example, the online
Pulmonary Rehabilitation Toolkit [16], developed in Australia
over 10 years ago, is now considered an essential reference for
physiotherapists and students working in pulmonary
rehabilitation [17]. Currently, few similar resources exist to
facilitate professional development for exercise professionals
working in cancer rehabilitation. With arapid rise in exercise
and cancer research [18,19], it can be challenging for clinicians
to keep up with best practices. Online resources may overcome
time and cost barriers to professional development and offer
convenience for time-poor clinicians [20].

The primary aim of this study is to develop an online toolkit,
based on experience-based co-design [21] methods, to provide
support to exercise professionals by delivering evidence-based
exercise interventions to cancer survivors. A secondary aimis
to evaluate the initial use of the online toolkit and explore its
effect on exercise professionals knowledge, confidence, and
behavior.

Methods

Study Design

An online toolkit called the Cancer Exercise Toolkit was
developed with an experience-based co-design approach [21]
using mixed methods between May 2020 and October 2021.
Quialitativeinterviews, workshops, and online surveysinformed
the toolkit development. The study procedure (Multimedia
Appendix 1) was based on the experience-based co-design
(EBCD) toolkit [21] and a published study using EBCD to
develop a cancer prehabilitation program [22]. EBCD is a
collaborative approach to service improvement completed in
partnership with end users [21]. Co-design helps researchers
build meaningful relationships with research participants [23],
whereby usersare recognized as expertsin their own experiences
[24]. The study was completed in two phases. (1) needs
identification and co-design of resourcesfor the online platform
and (2) pilot evaluation (Figure 1).
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Figure 1. Participant recruitment procedure for the creation and evaluation of the Cancer Exercise Toolkit.
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specifically in cancer for at least 2 years. The workshops did
not include patients, as exercise professionals were intended to
be the end users of this resource. However, patients who had

Participants
Two groups of participants were included in the co-design

workshops for toolkit development. Group 1 included
“generalist” exercise professionals, defined as physiotherapists
and exercise physiologistsworking in other areaswho may have
occasional contact with cancer survivors. Group 2 included
“expert” or experienced cancer exercise professionals, defined
as physiotherapists and exercise physiol ogists who had worked
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an invitation email distributed by a health service and through
local professional networks (eg, the Australian Physiotherapy
Association). For workshops 1 and 2, it was estimated that 8 to
10 participants in each group would be sufficient to provide
varied experiences and contribute to new knowledge [21].

For the pilot evaluation phase of the toolkit, a third group of
exercise professionals was recruited. We aimed to recruit a
convenience sample of at least 100 exercise professional s over
a 3-month period. This sample size assumed that 50% of
participants would be confident enough to prescribe exercise
therapy to cancer survivors and that this would be sufficient for
estimating the expected proportion of sufficiently confident
participants with 10% absolute precision and 95% CI [25].
Recruitment was not capped, as participants received recognition
for continuing professional development aspart of participation.

Procedure

Phase 1: Needs I dentification and Co-Design

One-hour semi-structured interviews (Multimedia Appendix 2)
were completed via teleconference (Zoom Video
Communications) with 3 patientswho had participated in cancer
rehabilitation in a public subacute hospital in Austraia
Interviews were conducted by a member of the research team
who had previous experience in conducting qualitative
interviews and did not have any prior involvement in the
treatment of these patients. The interviews included questions
exploring the patients journey in participating in an
exercise-based cancer rehabilitation program. The videos were
independently analyzed by 2 research team members (AD and
CT) using an inductive approach to identify key touchpoints of
the overall cancer rehabilitation experience [21]. The videos
were edited into a short video clip and used at the start of
workshops 1 and 2 to set the scene for the sessions.

Separate workshops (workshops 1 and 2, each 1 hour long) with
the generalist and expert exercise professional swere conducted
to explore areas for heath care improvement and identify
therapist learning needs. Learning needs identified from the
workshop formed the content outline of the new online toolKkit.
A combined workshop (workshop 3; 1.5-2 hourslong) wasthen
held with all the participating exercise professionals to design
key content elements and the overall layout of the onlinetoolkit.
A prototype online toolkit was developed based on findings
from the combined workshop and key cancer rehabilitation
literature[1,26,27]. A weblink was sent to exercise professionals
attending the workshops to trial the toolkit for 1 month.

Following 1 month of access to the prototype, a second joint
workshop (workshop 4; 1.5 hours long) was conducted to
facilitate feedback. In this workshop, participant perceptions
regarding the strengths and limitations of the new resource were
explored. Further refinements to the toolkit were made by the
research team following this workshop before it was formally
evaluated by the broader exercise community (Phase 2).

Workshops were facilitated by a researcher with experiencein
EBCD (CT). Two members of the study team (AC and AD)
generated field notes to assist in triangulation and data
trustworthiness. Project team members acted as observers and
additional facilitators for the larger joint workshops.

https://cancer.jmir.org/2022/2/e34903
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Immediately after each workshop, project team members
debriefed with the workshop facilitator and discussed their
reflections.

Recordings from all workshops were transcribed, stored, and
managed using Microsoft Word and NVivo (version 12).
Transcripts were coded independently by 2 reviewers (AD and
CT), who used an inductive thematic analysis approach to
identify touchpoints from the workshops [28]. The team then
came together to discuss and reach consensus on the key
touchpoints, which informed the structure and design of the
online toolkit. All but 1 team member had experience in
conducting qualitative research (Multimedia Appendix 3).

Phase 2: Pilot Evaluation

The online toolkit was formally piloted and evaluated with a
broader, international sample of exerciseprofessionals, including
co-design participants (February 2021 to April 2021). An open
online survey, Research Electronic Data Capture (RedCap) [29],
was distributed to a large health service and via loca
professional networks (eg, the Australian Physiotherapy
Association and Exercise and Sports Science Australia), aswell
as international ones (eg, the Canadian Physiotherapy
Association and the University of British Columbia Clinical
Exercise Physiology Lab) through email and social mediapages.
Participants gained access to the website after completion of
the survey. The survey was completed twice: (1) prior to
accessing the website (T0) and (2) 3 months after initialy
gaining access to the website (T1). The T1 surveys were sent
only to participants who provided contact details at the end of
the TO survey. Reminder emailswere sent at 7 and 14 days after
distribution of the T1 survey. A free professiona devel opment
event held via webinar was also conducted at follow-up to
promote survey completion.

Thisanonymousonline survey (Multimedia Appendix 4) aimed
to explore the website's effectiveness in addressing knowledge
gaps, confidence, and behavior in prescribing exercise according
to guidelines[ 1] along with the usability and utility of thetoolkit
[16]. It comprised 3 sectionsand took approximately 10 minutes
to complete. Section 1 included demographic data. Section 2
included questions derived from the Determinants of
I mplementation Behavior Questionnaire (DIBQ), whichisbased
on the theoretical domains framework [30]. Domains in the
DIBQ show high discriminant validity, reliability, and internal
consistency [30]. The 45-item instrument assessed the impact
of continuing professional development activities on health
professionals knowledge, confidence, and implementation
behaviors. Each item was measured on a 7-point Likert scale
(ranging from 1, “strongly disagree” to 7, “strongly agree”).
Item 45 was reverse scaled. Section 3 related to the usability
and utility of thewebsite [31] and wasincluded in the follow-up
survey only. This survey wastested by members of theresearch
team (AD, CB, and CO) for readability and functionality prior
toitsdistribution. A short quiz created by the researchers was
also embedded as a learning tool within the toolkit to test user
knowledge related to published recommendations on exercise
and cancer [1,26]. Website views at the end of the 3-month trial
period (May to October 2021) were reported to identify
engagement with the website.
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Data analysis

Survey and website metadata were described using proportions,
medians, and interquartile ranges. Content analysis was
conducted on open-ended survey questions by 2 researchers
(AC and CO) independently. Following recommendations for
the analysis of anonymous survey data that cannot be paired
[32], differencesin DIBQ scores between basdline and follow-up
were analyzed using the Mann Whitney U test with Bonferroni
adjustment for multiple comparisons. A sensitivity analysiswas
applied to account for dependencein thefollow-up survey. This
involved using the same sample size at baseline and follow up
in arandom sample of datafrom the baseline survey [32]. Data
were analyzed using SPSS version 27 (IBM Corp).

Ethics Approval

This study was reported in accordance with the Consolidated
Criteria for Reporting Qualitative Studies [33] and Good

Table 1. Characteristics of co-design participants.

Dennett et d

Reporting of A Mixed Methods Study [34] checklists and
approved by the hospital and university ethics committees (LR
20-020). Workshop participants provided written informed
consent. Consent for the online surveys was implied by survey
completion.

Results

Phase 1. Needs I dentification and Co-Design

Twenty-five exercise professionals (13 experts and 12
generalists) participated in the co-design workshops. The
co-design group included 21 physiotherapists and 4 exercise
physiologists. Thirteen co-design participantsworked in hospital
settingsin Australia. On average, the exercise professional s had
15 years of total experience (Table 1).

Characteristics, n (%) All (N=25) Expert (n=13) Generdist (n=12)
Profession
Physiotherapist 21 (84) 11 (85) 10 (83)
Exercise physiologist 4 (16) 2(15) 2(17)
Setting
Hospital 12 (48) 10 (77) 3(25)
Community 9 (36) 1(8) 8 (67)
Both 1(4) 1(8) 0(0)
Funding
Public 14 (56) 8(62) 7(58)
Private 2(8) 0(0) 2(17)
Both public and private 6 (25) 3(23) 3(23)
Years of total experience, mean (SD) 14.8 (8.6) 17.2(8.0) 12.3(8.6)

Workshops 1 and 2 identified 5 key touchpoints describing
successful cancer rehabilitation programs (Table 2). These
touchpoints highlighted the knowledge exercise professionals
required to be included in the toolkit for implementation in
cancer rehabilitation programs. Overal, touchpointswere similar
between the expert and generalist exercise professionals.

Need easy access to latest guidelines for general
knowledge...often difficult to keep up to date... [ Expert
group participant]
[Need] access[to] article(s), training... [to be] more
confident to safely advocate.to other health
professionals. [Generalist group participant]
When compared to the generalist group, the experts identified
more nuanced, disease-specific knowledge, such as the need
for strict infection control procedures and cancer-specific
assessments. The importance of practical considerations,
understanding the impact of cancer treatment and side effects,

https://cancer.jmir.org/2022/2/e34903

and education provision and access were common themes
forming the foundational content of the toolkit prototype. These
touchpoints informed 8 key sections of the toolkit: the
homepage; getting started; screening and safety; assessment;
exercise prescription; education; locations; and resources
(Multimedia Appendix 5).

In the joint workshop (workshop 3), the exercise professionals
agreed the toolkit needed to be simple, practical, and not
duplicate existing resources. Participants provided suggestions
for existing resources that could be linked or embedded in the
toolkit and described a need for templates that could be used in
their clinical practice. Website monitoring and updating were
identified as critical for the website's sustained success. At the
conclusion of this workshop, the research team drafted the
toolkit content. Freely available multimedia resources (videos,
infographics, patient handouts, and podcasts) were sourced to
supplement information provided on the website rather than
creating new multimedia content.
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Table 2. Key touchpoints from workshops 1 and 2.

Dennett et d

Elementsof cancer rehabilitation Common themes

Expert only Generalist only

Getting started Setting up the environment, including
socia support, space, equipment, and
group dynamics, communicating with
patients how to get started with cancer

rehabilitation

Screening and safety; assessment  Understanding impact of cancer treat-

ment; precautionsand contraindications

Individualization; modification and
progression/regression; monitoring fa-
tigue

Exercise prescription

Education Requirement for multidisciplinary in-
put, including psychological and nutri-
tional support and fatigue management;
need for resourcesfor both patientsand
clinicians; inclusion of patient testimo-
nias

Access Poor access to cancer rehabilitation

Importance of infection control due
to work with immunocompromised
patients

Whether to deliver therapy one-to-
one or in groups; uncertainty asto
how to integrate cancer patients
with other disease populations;
standardized templates and letters

Discussion of impairment, perfor-
mance, and quality of life measures
used for assessment, including can-
cer-specific measures

Emphasis on importance and
challenges of goal setting

More emphasis on guidelines and Patient-centered approach to tailor

optimal dosage exercise based on needs and
Ssymptoms
N/A2 N/A

Acknowledgement of lack of suffi-
cient suitable programs

Difficulty of generating and man-
aging referrals; low confidence of
other health professionals to refer
patients to cancer rehabilitation

3N/A: Not applicable. There were no differences in the themes related to education between the 2 groups.

At the second joint workshop (workshop 4), further refinements
were made (Multimedia Appendix 6) including changing the
website name to the Cancer Exercise Toolkit [35] and creating
alogo. The main feedback was related to navigation and the
addition of content. More content was added on special cancer
populations, including exercise modifications for specific
cancers and side-effects of treatment. The fina website was,
and still is, a freely available web-based resource that can be
self-navigated by users. At the time of evaluation, it comprised
8 sections including relevant information related to
implementing exercise-based rehabilitation for cancer survivors
(Multimedia Appendix 5 and Multimedia Appendix 7).

Phase 2: Pilot Evaluation

Thewebsite[31] waslaunched on World Cancer Day (February
4, 2021) and the baseline survey was accessed by 414 people,

https://cancer.jmir.org/2022/2/e34903

37 of whom did not identify as exercise professionals; the survey
was terminated. An additional 57 participants did not complete
the survey. Respondents who were exercise professionals
included 320 clinicians from 26 countries, with most having 5
years or less of cancer-specific experience (Table 3). The
majority were physiotherapists (277/320, 87%). Just 120 of the
320 clinicians (38%) worked exclusively in cancer, paliative
care, or lymphedema care. The main motivations for accessing
the website were for professional development (142/320, 44%)
and to improve patient care (17/320, 22%) (Figure 2).

Contact details for follow-up surveys were provided by 160
respondents, of whom 58 completed the follow-up survey (for
a response rate of 36%). There were no differences in
demographics between those who completed the baseline and
follow-up surveys (Table 3).
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Table 3. Participant characteristics at baseline and in a 3-month follow-up survey.
Characteristics Baseline (N=320) 3-month follow-up (n=58)

Discipline, n (%)

Physiotherapy 277 (87) 51 (88)
Exercise physiology 43 (13) 7(12)
Country or region, n (%)
Austraia 249 (78) 50 (86)
Europe/United Kingdom 38(12) 3(5)
Americas 15(5) 3(5)
AsialPacific 8(3) 0(0)
Africa 72 2(3)
Middle East 1(0.3) 0(0)
City-based, n (%) 228 (71) 41 (71)
Setting, n (%)
Public 159 (50) 29 (50)
Private 116 (36) 21(36)
Both public and private 36 (11) 7(12)
Other 9(3) 0(0)
Years of experience, mean (SD) 14 (10) 15 (10)

Year s of cancer-specific experience (if applicable), n (%)

<1 82 (26) 9 (16)
1-2 60 (19) 12 (21)
35 60 (19) 12 (21)
6-10 29(9) 9 (15)
>10 25(8) 7(12)
Primary area of clinical practice, n (%)
Cancer/palliative care/lymphedema 118 (37) 23 (40)
Other 200 (63) 35 (60)
Proportion of caseload cancer, n (%)
76-100% 61 (19) 14 (24)
51-75% 26 (8) 5(9)
26-50% 55 (17) 14 (24)
<25% 174 (54) 25 (43)
Highest level of qualification, n (%)
Undergraduate degree 138 (43) 24 (41)
Post-graduate certificate 71(22) 12 (21)
Masters by coursework 73 (23) 17 (29)
Masters by research 13 (4) 1(2
PhD 20 (6) 4(7)

Cancer-specific professional development completed?®

Informal training 175 (55) 0(0)

External courses 173 (54) 0(0)

Post-graduate education 42 (13) 0(0)

Other 23(7) 0(0)
https://cancer.jmir.org/2022/2/e34903 JMIR Cancer 2022 | vol. 8| iss. 2 [€34903 | p.215
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Characteristics

Baseline (N=320) 3-month follow-up (n=58)

None 45 (14) 0(0)
3N o responses were gained at follow-up as this question was not asked at follow-up.
Figure 2. Self-reported motivations for accessing the Cancer Exercise Toolkit website (multiple answers possible).
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Usage, Usability, and Utility
After the 3-month pilot period, the toolkit received on average

866 views per month. Toolkit usage peaked in June 2021 at
1205 views and declined to 731 views in October 2021.

The most viewed pageswere“Locations,” “ Patient Education,”
and “ Precautions and Contraindications” (MultimediaAppendix
8).

Participants found the website useful, easy to understand, and
easy to use (items 1 to 4: median score 6, IQR 5-7) (Table 4).
Most participants (35/44, 80%) agreed or strongly agreed that

Table 4. Website usability and utility.

they would recommend the Cancer Exercise Toolkit to
colleagues. Open-ended feedback received from 11 participants
was positive; the following are representative quotes:

Great source, filling a gap; like the pulmonary rehab
toolkit.
| had difficulties accessing the toolkit and never got
around to sorting out the issue.
Parti ci pants suggested some minor improvementsto the website
relating to accessibility (n=3), websitefunction (n=2), increasing
website scope (n=2), and dissemination (n=2).

Question

Median rating, IQR? Rating 6 or 7 (“strongly agree”), n (%)

Overal, the Oncology Rehabilitation Toolkit website was easy to use
(n=44)

The content of the Oncology Rehabilitation Toolkit website met my ex-
pectations (n=44)

Overal, it was easy to understand the organi zation of the Oncology Reha-
bilitation Toolkit website screens, especially the menu level s and the flow
of the screens (n=42)

How useful do you find the Oncology Rehabilitation Toolkit website to
be? (n=44)

| would recommend the Oncology Rehabilitation Toolkit website to my
colleagues (n=44)

6,57 30 (68)
6,57 31 (70)
6,57 28 (67)
6,57 29 (66)
7,67 35 (80)

3Numbers are Likert scales ranging from 1 (“strongly disagree”) to 7 (“strongly agree”)
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Deter minants of | mplementation Behavior
Questionnaire

At baseline, participants rated themselves highest on items
relating to their capability to deliver exercise rehabilitation
according to guidelines and lowest on items relating to their
training and ability to practice delivering exercise rehabilitation

Dennett et d

At the 3-month follow-up, participants self-reported significantly
higher scores on items related to knowledge and skills (items
1-7, P<.001) and confidence to deliver exercise therapy
according to guidelines (items8 and 9, P<.001) (Figure 3, Table
5).

(Table 5, Multimedia Appendix 9).

Table 5. Determinants of Implementation Behavior Questionnaire. The significance level was set at P<.001 (Bonferroni adjustment). Italics indicate
significance after the sensitivity analysis was applied. A total of 47 subjects did not complete this section of the survey at baseline. At follow-up, an

additional 3 responses were excluded as participants indicated they never accessed the website.

Question Baseline Follow-up Between-group difference
(N=273) (n=55) (P value)
Knowledge, median (IQR)
I know how to deliver Exercise Oncology Rehabilitation following the 5(3-6) 6 (5-6) <.001
guidelines.
Objectives of Exercise Oncology Rehabilitation and my rolein thisare 4(3-6) 5 (5-6) <.001
clearly defined for me.
With regard to Exercise Oncology Rehabilitation, | know what my respon- 5 (3-6) 6 (5-6) <.001
sibilities are.
In my work with Exercise Oncology Rehabilitation, | know exactly what 4 (3-5) 6 (5-6) <.001
is expected from me.
Skills, median (IQR)
| have been trained in delivering Exercise Oncology Rehabilitationfollowing 4 (1-5) 6 (4-6) <.001
the guidelines.
| have the skills to deliver Exercise Oncology Rehabilitation following the 5 (3-6) 6 (5-6) <.001
guidelines.
| am practiced to deliver Exercise Oncology Rehabilitation following the 4 (2-5) 6 (4-6) <.001
guidelines.
Confidence, median (IQR)
| am confident that | can deliver Exercise Oncology Rehabilitation following 5 (3-6) 5(5-7) <.001
the guidelines.
| am confident that | can deliver Exercise Oncology Rehabilitation following 4 (3-6) 5 (5-6) <.001
the guidelines even when other professionalswith whom | deliver Exercise
Oncology Rehabilitation do not do this.
| am confident that | can deliver Exercise Oncology Rehabilitationfollowing 4 (3-5) 5 (4-6) <.001
the guidelines even when there is little time.
| am confident that | can deliver Exercise Oncology Rehabilitationfollowing 4 (3-5) 5 (4-6) <.001

the guidelines even when participants are not motivated.
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Figure 3. Differences in Determinants of Implementation Behavior (DIBQ) scores between baseline and 3-month follow-up. Figure legend: Shaded
datarefer to Likert scales ranging from 1 ("strongly disagree") to 7 ("strongly agree"), numbers refer to absolute number of participants who answered

survey question.
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Triangulation of Data

Qualitative data obtained from clinician workshops converged
with quantitative survey data. Participants expressed a need to
accessinformation related to published exercise guidelines and
described information related to exercise screening and safety
as a priority. Areas of traffic on the toolkit were highest for
pages related to safety and education (Multimedia Appendix
8). This aligned with survey item scores related to guidelines
(“I know how to deliver Exercise Oncology Rehabilitation
following the guidelines’; “1 have been trained in delivering
Exercise Oncology Rehabilitation following the guidelines’; “I
have the skills to deliver Exercise Oncology Rehabilitation
following the guidelines’; “1 am confident that | can deliver
Exercise Oncology Rehabilitation following the guidelines’)
improving at follow-up.

Discussion

Principal Findings

This study identified key learning needs of exercise
professionalsrelated to cancer care and facilitated devel opment
of the co-designed online Cancer Exercise Toolkit. Learning
needsincluded knowledge of practical considerationsfor starting
a cancer rehabilitation program; how to perform assessment,
screening, and safety; and how to prescribe exercise, including
tailoring and monitoring. Other important elements described
by participants were facilitating access to care, clinician and
patient education, and inclusion of templates and forms to
support practice. The toolkit had internationa reach and was
described as useful and easy to navigate. The pilot evaluation
suggeststhe Cancer Exercise Toolkit may alsoimprove exercise
professionals knowledge, skills, and confidence to deliver
exercise therapy to cancer survivors.
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Knowledge, skills, and confidence of exercise professionals to
provide exercise therapy according to guidelines were rated
higher after accessto the Cancer Exercise Toolkit. Thisfinding
indicates that online toolkits such as this could be a useful
knowledge tranglation strategy, supporting previous research
showing that online platforms can support delivery of
evidence-based practice[36]. The areas of highest traffic onthe
website after initial piloting included sections related to
education, safety, and access. Thisalignswith thelearning needs
identified in the co-design workshops and with previous research
indicating that these are the areas exercise professionals most
lack confidence when managing people with cancer [12].
Building workforce capacity through development of
high-quality education and broad dissemination is high on the
agendafor the“Moving Through Cancer” movement to embed
exercise as part of standard care by 2029 [37]. By improving
the knowledge and skills of exercise professionals, it is likely
to lead to better quality of carefor cancer survivors and improve
access to specialized cancer rehabilitation programs.

Most toolkit users were exercise professionals who did not
specialize in cancer but were motivated to obtain professional
development and improve patient care. Initial survey
respondents and usersindicated that we achieved aglobal reach,
with more than 400 health professionals from 26 countries
accessing the toolkit. This reach is important considering that
recent national [38] and international guidelines [1] call for
increased access and uptake of exercise services for cancer
survivors. Highlighting the need for resources like the Cancer
Exercise Toolkit, very few exercise professionals registered in
Australia have specialist qudifications or training in cancer
care. Moreover, many exercise professionalsfeel underprepared
to practice in cancer care after their entry-level training [12].
Many professiona bodies have only started developing
post-graduate career pathwaysin cancer carein the past 5 years
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[39]. This study found that most clinicians receive their
professional devel opment through informal training, which may
reflect the scarcity of professional development opportunities
traditionally available in this area [12]. The Cancer Exercise
Toolkit developed in this study provides generalist and specialist
clinicians new opportunities to improve their cancer-specific
knowledge and skills to meet increasing demand.

The toolkit appeared to meet clinician needs, being described
as easy and useful, with most survey respondents agreeing they
would recommend it to their colleagues. Characteristics of the
toolkit informed by the co-design process reflected effective
web design, such as easy navigation; inclusion of images, 10gos,
and multimedia content; optimal organization, including a
hierarchical structure; and content utility, determined by
sufficiency, relevancy, quality, and motivational power of the
information [40]. While there was a high initial uptake of the
website, usage decreased over time. It is possible that
participants obtained what they needed from the website when
they initially accessed it, and that they therefore did not need
to continue visiting it. Planning for ongoing promotion of the
toolkit and updates with new content may aso be required to
improve user engagement. Planned strategies for ongoing
sustainability include sharing and promotion via social media
and seeking endorsement by key professional bodies.
Maintenance of thetoolkit will beimperativeto ensureits ability
to disseminate up-to-date exercise and cancer knowledge and
meet clinicians' professiona development needs in the future.

Strengths and Limitations

This is the first study to describe the development of a freely
availabletoolkit to support exercise professional sworking with
cancer survivors. The co-design approach ensured end user
learning needs were met through tailoring the toolkit based on
clinician experience [23]. The effectiveness of co-design in
health is not well established. However, qualitative reports
indicate that participantsin the co-design process have a positive
experience, and materials derived from co-design projects are
more applicable and acceptable to end users [23]. Co-design
methods have commonly been used in curriculum design for
secondary and tertiary education [41,42], but not for devel oping
professional development toolkits in a hedth setting.
Applicability of thetoolkit was optimized by involving exercise
professionals from a variety of clinical settings with a broad
range of experience. Our broad dissemination approach,
including engaging exercise professionals worldwide, also
enhanced the generalizability of the end product.

There were limitations to this study. In the evaluation, only
one-third of the original exercise professional participants
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completed the follow-up survey. Despite multiple attempts to
improve engagement with the follow-up survey, including
reminder emailsand hosting awebinar where survey completion
was promoted, the follow-up response rate remained low. This
low response rate is consistent with other clinician surveys
designed to evaluate physiotherapy professional devel opment
initiatives [43] and may be due to lack of time or motivation.
To improve response rate, clinicians could be provided with
further incentivesto complete follow-up surveys, such as prizes,
accredited professional development points, or certificates of
compl etion. We were al so unable to match participant responses
due to the anonymous nature of the survey. It is also possible
that the follow-up responses we did receive were from
participants who were more interested and invested in cancer
rehabilitation; these participants may have reported higher
scores. However, the demographics of the participants who
completed the follow-up survey were similar to the overall
cohort. Additionally, a sensitivity analysis to account for the
issue of dependence was conducted to increase the confidence
in our results. Our inclusion of exercise professionalsinvolved
in the co-design of the toolkit during the evaluation phase also
could have biased the outcome. However, we included this
group to optimize the sample size available for evaluation, and
to ensure that the changes made following the workshops were
appropriate. Other health professionals, such as occupational
therapists, dietitians, nurses, and doctors, were excluded, as
they are not traditionally involved with specialist exercise
prescription for cancer survivors. The website was devel oped
for the Australian context. Health systems in other parts of the
world may differ, and the content may need to be adapted to
meet their needs. Despite this, positive feedback was received
from participants from other countries, indicating that
cross-cultural adaptation would likely be acceptable. Lastly,
online resources may not be as effective at improving clinician
behavior as more active learning strategies, such as workshops
and mentoring [44].

Conclusion

This study described the devel opment of the co-designed Cancer
Exercise Toolkit. The toolkit was accessed by physiotherapists
and exercise physiol ogistswho described the website asvaluable
and easy to use. Exercise professionals rated their knowledge,
skills, and confidence higher after accessing the website,
indicating that it may be an effective alternative or complement
to traditional professional development. The Cancer Exercise
Toolkit may help improve access to exercise therapy and
improve the effectiveness of care for cancer survivors through
greater capability of the exercise professional workforce.
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Abstract

Background: Gastric cancer is one of the most common gastrointestinal cancers. Patients with gastric cancer experience
disabilitiesand complicationsthat lead to reduced quality of life. Empowering these patients by providing them with information
and self-management skills can help reduce side effects and improve their quality of life.

Objective: The aim of this study was to identify the user requirements for devel oping a mobile-based self-management app to
support patients with gastric cancer.

Methods: Datawere analyzed using descriptive statistics and frequency distribution reports using IBM SPSS Statistics software.
Results:  All of the data elements and functional requirements except “data recording times” and “weight changes in graphs’
were identified as essential by clinical experts and patients. Among the functional requirements required in a gastric cancer
self-management app, the capabilities related to informing, announcing warnings, and reminders are included. In the demographic
data section, most patients (14/26, 53%) did not comment on the importance of recording data such as name, surname, and place
of residence, and the demographic data section was met with |ess agreement from patients than clinicians.

Conclusions:  Applying the requirements mentioned in this study can improve the self-management of patients with gastric

cancer. Such apps can play an important role in empowering patients and improving their quality of life. However, the apps need
to be designed and implemented to see how they can meet users' requirements.

(JMIR Cancer 2022;8(2):€36788) doi:10.2196/36788

KEYWORDS
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: with cancer during their lifetime, and 1in8 menand 1in 11
Introduction women died due to the disease [1]. In some cases, cancer is
Cancer is one of the leading causes of death and disability ~Caused not by a p')ergop's physical and genetic characteristics
worldwide, especially in developing countries. Accordingtoa  Put by the person’s living environment [2-4]. Stomach cancer
report (GLOBOCAN), in 2020, 1 in 5 people were diagnosed S NOW the fifth most common malignancy worldwide, after
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cancers of the lung, breast, colorectal, and prostate, with
1,033,701 new cases (5.7% of the total) estimated in 2018. It
is the third most common cause of cancer-related death, with
782,685 deaths (8.2% of the total) in 2018 [5]. According to
the National Cancer Institute, gastric cancer isvery commonin
Japan, Central Latin America, South America, Eastern Europe,
and partsof the Middle East [6]. In Iran, gastric cancer hasbeen
reported as the deadliest cancer. The statistics of disease
incidence rates show the high incidence of gastrointestinal
cancer in the northern provinces of the country, especialy
Mazandaran and Golestan [5,7].

Treatment for gastric cancer includes surgery, chemotherapy,
and radiation therapy, which are used based on the stage of the
disease. Surgery isamajor and effective treatment in the early
and advanced stages of the disease [8]. After gastrectomy
surgery, there are many complications related to nutrition and
gastrointestinal  function. The most common of these
complications are premature dumping syndrome, late dumping
syndrome, and fat malabsorption, which can lead to gradual
weight loss, premature satiety, abdominal pain, postprandia
pain, and chronic diarrhea. Other nutritional problemsthat occur
gradually include anemia, hypoxemia, vitamin C deficiency,
and calorie and protein malnutrition, which have a significant
impact on all aspects of the quality of life of these patients [9].
Self-management refers to the ability and autonomy of the
individual to accept responsibility for self-care and to manage
the physical, mental, and social consegquences of having a
chronic condition [10,11]. Today, self-management is performed
by health care professionals through training booklets, audio
and videotapes, and group meetings.

Currently, in the clinical environment, the most common types
of patient education are using educational pamphlets, audiotapes,
videos, and a so ora presentationsin personal or group sessions.
These methods have low efficiency becausethey providealarge
amount of information and rely on the individual's ahility to
recall information, which may lead to patient confusion. For
exampl e, about 40%-80% of oral information wasimmediately
forgotten, and half of thisinformation was not recalled correctly
by patients [12]. Therefore, to solve these problems and
limitations, new tools and approaches are needed, and
smartphones are one of these suitable and well-known tools
[13]. The advantages of using mobile health (mHealth)
intervention include managing theimprovement of the patient's
condition during treatment and afterward, improving patient
knowledge, self-management, drug management, and receiving
socia support from patients with similar conditions [14].

Therefore, dueto theimportance of self-management by patients
with gastric cancer, theineffectiveness of educational pamphlets
and oral information, the role of smartphones in facilitating
education and management [12,15,16], and the high prevalence
of this cancer [1,5], the purpose of this study was to identify
the requirements of mobile-based self-management app for
patients with gastric cancer and help them to improve disease
management.

https://cancer.jmir.org/2022/2/e36788
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Methods

Overview

This research was conducted using the quantitative descriptive
method in 2021. The data collection tool in this study was a
questionnaire designed by the research group (Multimedia
Appendix 1). It was used to assess information needs and
determine the data elements and capabilities required for a
self-management app for patients with gastric cancer based on
library studies, global guidelinesfor gastric cancer management
and treatment, and searches of valid databases and scientific
articles. This questionnaire was considered equal for the two
groupsof clinical staff and patients. The questionnaire consisted
of 41 closed questions in 5 sections that included patient data
(1item), patient clinical data (8 items), disease management (6
items) and educational information (12 items), and app
capabilities and functionsin 3 areas of notices, program alerts,
and reminders and screen capabilities of the program (14 items).
At the end of the questionnaire, an open-ended question was
asked to receive the participants opinions on their issues. This
guestionnaire was designed based on a 5-point Likert scale. To
determine the questionnaire content validity, the opinions of 5
expertsinthefield of cancer and information management were
obtained, and the relevant corrections were made.

To determine questionnaire reliability, we used Cronbach alpha
and invited 5 physicians and 10 patients with gastric cancer to
participate. Cronbach alphawas 83% for the patient'sindividual
data, 80% for the patient's clinical data section, 87% for the
disease management section, 97% for the educationa
information section, and 92% for the app capabilities and
functions section. Data analysis was performed based on the
calculation of frequency distribution (number and percentage),
mean, and quarter deviation index of each questionnaire question
inIBM SPSS Statistics software (version 22; IBM Corp). Thus,
if atotal of 75% of the participants in the study or more chose
the first two options (very important and important) in the
guestionnaire, that data element was considered in the final
model, the data elements that atotal of 50%-75% of the study
population chose the first two options or the last two optionsin
the questionnaire, were questioned again in the second stage of
Delphi and comments below 50% of the model were removed.
Thus, if atotal of 75% of the participants in the study or more
chose the first two options (very important and important) in
the questionnaire, that data element was considered in the final
model. The data elements for which 50%-75% of the study
population chose the first two options or the last two options
were included in the second stage of the Delphi process.
Ultimately, comments below 50% of the model were removed.
This study involved two rounds of the Delphi method. The
scores of the questionnaire options were as follows. 5=very
important, 4=important, 3=l have no opinion, 2=insignificant,
and 1=very insignificant. In addition, if anew dataelement was
suggested by at least 40% of the participantsin the open question
section of the questionnaire, the desired data element was used
in the design of the program. Questionnaires were available to
all medical speciaistsin thefields of cancer radiotherapy, blood
and oncology, pathology, pharmacy, and head nurses of the
chemotherapy department working in the hospitals of
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Mazandaran University of Medical Sciences, which had an
oncology department (Bouali Sina and Imam Sari) and by
available sampling to 30 patients with gastric cancer who were
admitted to the oncology department and met the criteria for
inclusion in the study. Inclusion criteria were technological
skills, gastric cancer, smartphones, and a minimum age of 30
years and maximum age of 65 years. Finally, the obtained data
were analyzed using descriptive statistics and frequency
distribution reports and using IBM SPSS Statistics software.

Ethical Consider ations

This study was reviewed by Mazandaran University of Medical
Sciences and provided with ethics code
IRMAZUMS.REC.1399.7855.

Results

Inthefirst round, 50 questionnaires (20 for clinical expertsand
30 for patients) were distributed, and 42 questionnaires (16 by

Yazdanian et al

clinical experts and 26 by patients) were completed. In the
second round, 50 questionnaires (20 for clinical expertsand 30
for patients) were distributed, and 35 questionnaires (15 by
clinical experts and 20 by patients) were completed. Most
participants in the clinical group were male (n=10, 62%) and
in the age range of 40-49 years (Table 1). Most of them had
medical subspecialists degrees (n=9, 56%), and most of them
(n=8, 50%) speciaized in radiotherapy. In addition, most
participants in this round (n=9, 56%) had work experience
between 6 and 10 years. Most of the patient participantsin the
study were male (n=15, 57%) with arange of 50-59 years (Table
2). Most of them had adiploma (n=20, 77%), and most of them
had a freelance job (n=8, 31%). Tables 1 and 2 show
participants’ characteristics in the first and second rounds of
the Delphi study.

Table 1. Clinical experts characteristicsin the first and second rounds of the Delphi study.

Delphi study variables

Round 1, n (%) Round 2, n (%)

Gender
Male
Female
Age (years)
30-39
40-49
50-59
60-69
L evel of education
BSc
MSc
Medical speciaty
Medical subspecialty
Occupation
Oncologist
Radiotherapist
Pathol ogist
Pharmacist
Nurse
Work experiencein cancer (years)
1-5
6-10
11-15

10 (62) 9 (60)
6(39) 6 (40)
0(0) 0(0)
12 (75) 11 (73)
2(12) 2 (13)
2(12) 2(13)
2(12) 2(13)
0(0) 0(0)
5(31) 5(33)
9 (56) 8(33)
2(12) 2(13)
8 (50) 7 (47)
3(19) 3(20)
1(6) 1)
2(12) 2 (13)
2(12) 2 (13)
9 (56) 8(53)
2(12) 2 (13)
3(19) 3(20)
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Table 2. Patients characteristicsin thefirst and second rounds of the Delphi study.

Delphi study variables

Round 1, frequency (%) Round 2, frequency (%)

Gender
Male
Female
Age (years)
30-39
40-49
50-59
60-65
L evel of education
Diploma
Associate degree
BSc
MSc
PhD or above
Occupation
Clerk
Farmer
Freelance job
Retired
Unemployed

15 (57) 12 (60)
11 (43) 8 (40)
0(0) 0(0)
8(31) 4(20)
10 (38) 10 (50)
8(31) 6 (30)
20 (77) 16 (80)
3(12) 1(50)
3(12) 3(15)
0(0) 0(0)
0(0) 0(0)
3(12) 3(12)
4 (15) 0(0)
8(31) 12 (60)
7(27) 5 (25)
4(15) 0(25)

Table 3 and Table 4 show participants’ response distribution
regarding data elements and functional requirements. Most of
the dataelementswere identified asvery important or significant
by the majority of participants (Table 3).

Among the data elements required in the patient's clinical data
part, the highest mean was the treatment types used (mean 4.3,
SD 0.91), and appointment time with doctor had the lowest
mean (3.3, SD 1.66). Among the data elements required in the
disease management part, the treatment protocols (ie, surgery,
radiotherapy, and chemotherapy) had the highest mean (4.6,
SD 0.95), and complementary therapies had the lowest mean
(3.8, SD 1.17). Among the data elements required by the
educational information, the highest mean belonged to physical
activity (mean 4.4, SD 0.91), and the lowest mean belonged to
excretory substances (mean 3.6, SD 1.18). Moreover, medication
reminders had the highest mean (4.2, SD 0.95), and the nutrition
reminders had thelowest average of the functiona requirements
for mobile-based self-management apps (mean 3.3, SD 0.48).
However, some data elements|ed to the second round of Delphi,
such as medication, other diseases and medi cations, appointment
timewith adoctor, excretory substances, list of cancer treatment
centers, hopeful quotes notification, nutrition reminder, the
ability to display the date entry time and date, and weight
changes graph (Table 4).

In the second round, 15 specialists and 20 patients parti cipated.
Most of the participantsin the study were male (n=9, 60%) and
in the age range of 40-49 years (n=11, 73%). Most of them had

https://cancer.jmir.org/2022/2/e36788

asubspecialty degree (n=8, 53%), and most of them specialized
in radiotherapy (n=7, 47%). In addition, most participants in
this round (n=8, 53%) had work experience between 6 and 10
years. |n addition, most of the patient participants in the study
were mae (n=12, 60%) and in the age range of 50-59 years
(n=10, 50%). Most of them had a diploma (n=16, 80%), and
most of them had afree job (n=12, 60%).

These results show that in the demographic data section, most
patients did not comment on the importance of recording data
such as name, surname, and place of residence and were met
with less agreement from patients compared to clinicians.
Furthermore, the group of clinical specialists emphasized the
importance of recording the type of treatments, paraclinical
measures (eg, laboratory tests, sonography, mammography,
radiography, endoscopy, and cytology), and their resultsaswell
as introducing the side effects of chemotherapy and their
medication interactions. Patients emphasi zed the importance of
educational information such as nutrition management,
emotional support, health advice during chemotherapy, and
wound care after surgery. In terms of functional requirements,
the patient group pai d more attention to the necessary reminders
for medication, visiting a doctor, and performing paraclinical
procedures in the app, while experts emphasized the need for
remindersto screen the patient's first-degree family. Moreover,
the experts stated as the main treatment for gastric cancer is
related to chemotherapy and surgery, so thelist of surgeonsand
medical subspecialists in hematology and oncology should be
considered in the field of informing capabilities of the app.
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Table 3. Participants' response distribution regarding required data elements for mobile-based self-management app (round 1).

Clinical specidists,

Data elements Patients, mean (SD)  mean (SD) Total, mean (SD)  Agreement

Demographic data 3.7(0.82) 4.2 (0.93) 3.8(1.15) O

Clinical patientsdata
Occurrence of early symptoms (day/month/year) 3.92 (1) 4.4(0.72) 4.1(1.07) O
Diagnosis time (day/month/year) 3.9(0.88) 3.8(1.19) 3.8(1.02) g
Paraclinical test history 3.9(1.19) 4.36 (0.76) 4.1(1.02) O
Treatments type (surgery, chemotherapy, radiotherapy) 4.1 (0.98) 4.46 (0.74) 4.3 (0.91) g
Medication 3.1(1.57) 3.6 (1.66) 3.4(1.59) _a
Other diseases and medications 3.1(1.44) 37(112) 34(1.32) —
Appointment time with a doctor 3.1(1.55) 3.6 (1.66) 3.3(1.66) —
Time for paraclinical tests 3.85(1.01) 4.6 (0.8) 4.2 (0.95) O

Disease management
Gastric cancer causes 4.0(1.14) 4.5(0.51) 4.2 (0.99) O
Gastric cancer symptoms 4.1 (0.94) 4.7 (0.34) 4.3 (0.94) g
Diagnostic methods (test, ultrasound, imaging, pathology) 3.7 (1.11) 4.1 (0.99) 39(11) g
Treatment protocols (surgery, radiation therapy, 4.2 (1.06) 4.8 (0.34) 4.6 (0.95) g
chemotherapy, etc)
Side effects and Medication interactions 4.1 (0.98) 4.4(0.82) 4.3 (0.91)
Complementary therapies 3.7(1.21) 4.0 (0.96) 3.8(1.17)

Educational information
Nutrition management 45 (0.51) 4.1 (0.96) 4.3(0.8)
Risk factors 4.2 (1.04) 4.1(1.32) 4.1 (1.10)
Excretory substances 3.4 (1.09) 3.8(1.36) 3.6 (1.18) —
Rest 4.1(0.99) 3.7(1.11) 3.9(1.13) 0
Stress management 4.2 (0.98) 41(1.2) 4.1(11) O
Emotional support for patient and family 4.4 (0.82) 4.1 (1.02) 4.3 (0.91) g
Physical activity management 4.6(0.82) 43(1.02) 4.4(0.91) O
Health advice during chemotherapy 4.1 (1.31) 3.7 (1.26) 3.9(1.28) g
Warning/danger symptoms during treatment (jaundice, 4.1 (0.99) 3.7(1.17) 3.8(1.13) g
bloody stools, bloody vomit)
Family education 4.0 (0.96) 39(1.21) 3.9(1.17)
Wound care after surgery 4.4 (0.82) 4.1 (0.98) 4.3 (0.91)
Frequently asked questions 39(1.13) 4.4(0.72) 4.0(1.07)

8o agreement reached.
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Table 4. Distribution of the participants’ responses regarding functional requirements for mobile-based self-management app (round 1).

Clinical specidists,

App functional requirements Patients, mean (SD)  mean (SD) Total, mean (SD)  Agreement

Notices
List of cancer treatment centers 3.6(1.19) 3.3(1.45) 35(1.28) _a
List of cancer radiotherapists and hematologist-oncologist 4.3 (0.76) 3.9(1.19) 4.1 (1.05) g

Alertsand reminders
Medication reminder 4.4 (0.81) 4.1 (1.09) 4.2 (0.95) g
Appointment reminder 4.0(0.92) 39(1.13) 3.9(1.03) O
paraclinical test reminder 4.1 (0.99) 3.7(1.17) 3.8(1.09) g
Screening reminder 3.6(1.26) 4.1 (0.96) 39(112) O
Physical activity reminder 3.6 (1.26) 4.0 (0.92) 3.8(1.15) g
Hopeful quotes notification 3.6(1.19) 3.2(1.45) 3.4(1.23) —
Nutrition reminder 3.0 (1.50) 3.6 (1.46) 3.3(1.48) —

Display capabilities
Ability to display data entry date 3.4(1.36) 3.7 (1.39) 3.6(1.38) —
Ability to display datarecording time 3.3(1.45) 3.7(111) 35(1.32) —
Show weight changes graphically 3.1(1.50) 3.7 (0.98) 35(1.23) —
Ability to record ultrasound images, test results, etc 3.9(1.16) 3.8(1.05) 3.8(1.13)
Reports 4.1(0.99) 3.7(1.11) 3.9 (1.05)

3N o agreement reached.
Discussion centers. In addition, Yazdanian et al [20] stated it is possibleto

Principal Findings

The findings of this study showed that from the perspective of
clinicians and patients, most components related to personal
data, patient clinical data, disease management, and educational
information, as well as app capabilities such as notices, alerts,
and reminders, and screen-related capabilities other than “ ability
to display data recording hours and display weight changesin
charts’ were required. The findings of this study showed that
most patients did not comment on the importance of recording
data such as name, surname, and location, and personal data
were met with less agreement from patients compared to
clinicians. This may be due to concerns about privacy and
confidentiality. Therefore, the results of this study arein line
with the results of Neobek et a [17], who expressed users
concerns about privacy as the main obstacle in using
health-related self-management programs. In addition, the study
of Mami et a [18] also mentioned the importance of security
and access to identity information in the design of apps.
Therefore, due to the possibility of data transfer and
communication with clinical specialists in apps, the existence
of demographic information in self-management apps is
essential.

In similar studies, the importance of recording patient clinical
data was reported. In this regard, Sicotte et a [19] has shown
that recording patient data and using electronic medical records
led to improved flow of information, increased quality of care,
and reduced the average waiting time in cancer outpatient

https://cancer.jmir.org/2022/2/e36788

record patients clinical data electronically and manage the
course of cancer from screening and prevention to treatment
and beyond, despite the breadth of data elements related to
cancer patient care. Levy et a [21] aso created aformto collect
data related to the chemotherapy protocol, assess pretreatment
symptoms and provide chemotherapy training in the electronic
health record. Thisform included data el ements such as name,
dose, and method of injection, aswell as the expiration date of
the medication. Mukai et a [22] also designed the Advanced
Medical Information Database System (AMIDAS) to record
clinical data and archive radiotherapy information. The data
required by the AMIDAS system included patient demographic
information, tumor data, radiotherapy treatment plan, follow-up
(tumor complications, disease progression reactions, mortality,
etc), laboratory results, and treatment delivery. Therefore, it
seems that designing an app with a mobile phone will provide
acompleteview of patientswith cancer by considering thetypes
of data required by the oncology, chemotherapy, and
radiotherapy departments, resulting in the integration of the
data of patients with cancer, improving the quality of care,
making moreinformed decisions, and reducing thetime required
to search for patient information.

The findings showed, due to the need for disease management,
the presence of information on gastric cancer and its causes,
symptoms, types of diagnostic methods, and treatment regimens
are necessary. In a study conducted to develop a tablet-based
app for patients with gastric cancer, Wu et al [15] found that
patients had much less weight loss than the control group by
providing sufficient information on the symptoms of the disease.
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In addition, Wu et al [23] designed a smartphone-based app that
reminded activities related to nutritional status, medical
information management, drainage follow-up, and wound care
in patients with gastric cancer after surgery. This app informed
patients of severe weight loss or possible bleeding by including
clinical decision support. Ultimately, it achieved the highest
level of satisfaction in 93% of users. Therefore, it seems that
patients with gastric cancer need sufficient information about
the causes and symptoms of the disease, diagnostic methods,
and types of treatment regimens to improve their knowledge
about the pathology and the course of the disease and the role
and importance of treatment regimens.

Educational information was another major topic that many
patients and clinicians emphasized, including the importance
of nutrition management, stress management, health advice
during chemotherapy, and more. In a similar study, June and
Park [24] conducted a self-management program with 22 items
in 7 areas of management of dietary restrictions, avoidance of
risk factors, attention deposits, stress management and
psychological support, attention to rest, regular diet, and
follow-up carefor patientswith gastric cancer after gastrectomy.
In thisregard, Davoodi et a [9] emphasized the important role
of the effect of self-care program training on the quality of life
of patients with gastric cancer after surgery, especially in the
psychological dimension. Moreover, Xuan [25] emphasized the
very positive effect of self-management training on weight
changes and quality of life in patients with gastric cancer that
undergoing chemotherapy. In areview study, Mehdizadeh et al
[12] found that mobile apps can provide easy access to
appropriate and reliable information for patients with cancer
and their families. Therefore, it seems providing educational
information for supporting self-management by using mHealth
intervention and mobile app can help patients with gastric
cancer. It could be useful for nutrition management, diet therapy,
improved physical activity, psychological and social effects,
and sharing patients experiences with others.

Functional requirements related to informing, warnings, and
reminders were functional requirements identified by
participants as essential features for a gastric cancer
self-management app. Some studies have reported that timely
use of medications can lead to reduced disease recurrence and
progression, reduced risk of mortality, and increased quality of
life in patients with colorectal cancer. In this regard, Slatter et
al [26] helped patients and their families by designing the ONCO
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FAMILY APP app, which had a reminder module for taking
medication and seeing a doctor. In another study, Kock and
colleagues [27] designed a LESS app with a calendar and
reminder module for children with cancer. This module
automatically reminds users of their appointments and periodic
tests by specifying points on the calendar. Therefore, it seems
mHealth interventions could be used as a promotional tool for
encouraging peopleto participate in self-management activities
and improving patient adherence to treatment protocols and
communication between health care providers and patients.

Limitations

This research had some limitations. First of all, although most
medical speciaists in the fields of cancer radiotherapy, blood
and oncology, pathology, pharmacy, and head nurses of the
chemotherapy department working in the teaching hospitals of
Mazandaran University of Medical Sciences, which had an
oncology department (Bouali Sina and Imam Sari), took part
in the study, the number of the participants in the first and
second rounds of the Delphi study was limited. However, as
there is no well-defined rule for selecting a specific number of
participantsin a Delphi study and representation is assessed by
the quality of the expert panel rather than its number, we can
conclude that the participants were well-experienced clinicians
in cancer care and the results might be generalized to larger
sample sizes. The second issue might be related to the level of
details associated with each data element. Although we reached
a large number of data elements necessary for designing a
mobile-based self-management app for patients with gastric
cancer, it was not possible to include al of them in the
guestionnaire. Therefore, more details about other dataelements,
which might not be mentioned in this study, should be
investigated before or during designing area system.

Conclusions

The goal of this study wasto identify app requirements for the
self-management of patients with gastric cancer. The features
provided included personal data, patient clinical data, disease
management, educational information, and functional
requirements such as notifications and reminders that could be
used for developing software or apps and made available for
users. These apps can play an important role in empowering
patients and also improving their quality of life. However, the
apps need to be designed and implemented to see how they can
meet users' requirements.
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Abstract

Background: Cancer and its treatment can adversely affect male fertility. Although sperm banking is an effective fertility
preservation method, there is an unmet need for information and support surrounding these issues.

Objective: This usability study evaluates a mobile health app providing male patients with cancer with credible information
about the impact of cancer and its treatment on fertility and fertility preservation.

Methods: Participants were recruited by a market research firm. Eligibility criteria were men who were 18-45 years of age,
identified as male, diagnosed with new or recurring cancer within 1 year, not in fertility treatment, able to read and write in
English or French, and had internet access. App usage was tracked for 2 weeks. After app use, participants provided qualitative
feedback about their experiences using the app as well as quantitative data regarding their sperm banking decisions, perceived
change in fertility knowledge, evaluation of the app’s information on the Information Assessment Method, and the app’s quality
on the user version of the Mobile App Rating Scale.

Results: The sample included 40 men aged 27-45 years. Approximately 68% (27/40) indicated that no one had previously
spoken to them about the impact of cancer on fertility, and 85% (34/40) had not received information on fertility preservation.
Approximately 83% (33/40) found the app’sinformation relevant, and 85% (34/40) said that it increased their fertility knowledge.
Approximately 23% (9/40) made a decision about sperm banking after using the app. Participants rated the app’s quality highly,
with mean scores (out of 5) of 4.14 for information, 4.06 for functionality, 3.84 for aesthetics, and 3.63 for engagement.

Conclusions: The app proved to be useful for male patients with cancer, suggesting that mobile health resources could be
beneficial to incorporate into clinical care to enable shared decision-making about fertility.

(JMIR Cancer 2022;8(2):€33594) doi:10.2196/33594
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mobile app; eHealth; male; cancer; infertility; fertility preservation; psycho-oncology
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Introduction

About 8600 Canadian boys and men aged 15-39 years are
diagnosed with cancer yearly [1]. Cancer can adversely affect
male fertility by damaging the reproductive organs, disrupting
hormonelevels, or impairing sperm production/release[2]. Male
fertility can also be affected by cancer treatment, including
chemotherapy, radiation, and surgery [3-6]. As survival rates
improve [7], patients face long-term conseguences of cancer
and itstreatment [8]. Psychological distressis common among
men with cancer who may fear disease recurrence or feel
inadequate and for whom cancer might interfere with career
goals and family planning [9]. Cancer treatment may result in
decreased libido, sexual dissatisfaction, erectile dysfunction
[9], and cause difficulties in cultivating intimate relationships
[10].

The most established method to preserve male fertility before
cancer treatment is semen cryopreservation, also known as
sperm banking [4,11]. For most patients, the semen sample is
collected via masturbation [12]. However, in patients with
difficulties providing a semen sample via g aculation, there are
avariety of alternative sperm retrieval techniques that can be
used (eg, el ectrogjacul ation, aspiration of sperm from thetesticle
or epididymis) [12,13]. Banked sperm can then be used to
achieve a pregnancy with the use of assisted reproductive
techniques such as in vitro fertilization and intracytoplasmic
sperminjection [4]. There are a so options for men who do not
have viable sperm, such asthe use of donor spermin conjunction
with in vitro fertilization and intracytoplasmic sperm injection,
aswell as adoption [11].

Although sperm banking is an effective fertility preservation
method [14], thereisan unmet need for information and support
surrounding theseissues[15-17]. Most male patientswith cancer
view receiving fertility information as very important but are
often dissatisfied with the information obtained [16]. The
urgency to begin treatment or fear of passing cancer to offspring
may act as barriers to sperm banking [15,18,19]. Factors that
often prevent fertility preservation conversations include the
potential distressfrom discussing infertility risk, limited access
to educational materials, and clinicians lack of time and
knowledge [20]. Additionally, men may not initiate these
conversations since they are generally less likely than women
to ask questions during medical appointments [21].

Thereis aneed for fertility preservation resources to be better
integrated into cancer care[4,15,18,22]. In asurvey conducted
by our team, 80% of male patients with cancer preferred
receiving fertility information at the first oncology consult or
at the time of diagnosis and treatment planning [15]. Loren et
al [18] recommend that referrals to counselling services be
incorporated into routine care for men with fertility concerns.
Thus, it isimperativethat cliniciansdiscussfertility preservation
with patients as early as possible and refer them to reproductive
Specidists.

eHealth resources are viewed positively by cancer survivors
[23] and are suitable for men who often value autonomy and
anonymity when seeking information [24]. However, current
web-based information for male patients with cancer is not

https://cancer.jmir.org/2022/2/e33594
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comprehensive, less accessible than that for female patients
[25], of inadequate readability and quality [26], and is not
rigorously evaluated [27]. One study has assessed the feasibility
of a web-based intervention targeting fertility distress after
cancer, but their sampleincludes only 4 men [28,29]. Given the
widespread use of smartphones [30], mobile health (mHealth)
apps show promise as tools to improve the quality of life of
patients with cancer [31].

To address the need for fertility information tailored to male
patients with cancer, our team developed an mHealth app,
Infotility XY, providing information on the impact of cancer and
its treatment on male fertility and fertility preservation. In this
study, we evaluate the app’s quality and information, as well
asitspotential to improve fertility knowledge and help patients
make fertility preservation decisions.

Methods

App Study Design
The study design for the Infotility XY app adhered to the Medical
Research Council guidelinesfor the development and evaluation
of complex interventions[32]. The guidelinesinclude 4 phases.
development, feasibility and piloting, evaluation, and
implementation [32].

In the development phase of the study, our team designed 3
versions of the Infotility/Infotilité XY app for 3 populationsin
collaboration with an app development company: men in the
genera public, male patients with infertility, and male patients
with cancer. In this paper, only datafrom the sample of patients
with cancer are presented.

The app content was written by our team and informed by
extensive literature reviews and a needs assessment survey of
the fertility-related informational and support needs of male
patients with cancer [15]. Key stakeholders, including male
patients with cancer, were included throughout the app
development process, informing the app’s content and design
elements. Content was vetted by health professionalsand experts
in patient-centered care. All content was available in English
and French.

In addition to information about sperm banking, the app for
male patients with cancer provided information on fertility
treatment in general (eg, in vitro fertilization) aswell asthe use
of donor sperm. The app aso addressed common concerns
among male patients with cancer such as the risk of passing
their cancer onto future children, which was a concern that came
up in the needs assessment survey among male patients with
cancer. The app included 19 articles grouped into 4 categories:
“Fertility and cancer,” “Sperm banking 101,” “After banking,”
and “Talking to my partner about sperm banking” (see
Multimedia Appendix 1 for thelist of the articles). Each article
had the option to give a thumbs-up/down to indicate its
usefulness. The app featured pop-up glossary definitions,
infographics, animations, and a Canada-wide map of fertility
clinics (see Multimedia Appendix 2 for screenshots of the app).

Our research team collaborated with an app company to
transform the informational content into a user-friendly app.

JMIR Cancer 2022 | vol. 8] iss. 2 |€33594 | p.233
(page number not for citation purposes)


http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER

The app company helped develop the look and feel of the app
(eg, color scheme, graphics), the different features in the app
(eg, map of fertility clinics, pop-up glossary definitions), and
the navigation. The app company did not have access to users
data

In the feasibility/piloting phase of the study, an interactive
prototype of the Infotility XY app was devel oped, which allowed
the research team to make changes to the organization of the
information before presenting the app to participants.

In the eval uation phase of the study, we assessed the uptake and
usability of the app by using a pre-post study design. We
determined our 2 main outcome measures (the user version of
the Mobile App Rating Scale [UMARS] and the Information
Assessment Method [IAM]) based on literature reviews of
available tools to assess the quality and information of apps.
The next phase of the study isimplementation, which includes
finding partners to disseminate the app and provide long-term
follow-up and monitoring [32].

Ethics Approval and Recruitment

This study was approved by the Medical/Biomedical Research
Ethics Committee of CIUSSS (Centre intégré universitaire de
santé et de services sociaux) West-Central Montreal Research
Ethics Board (MP-05-2016-344). Participants were recruited
between August and October 2020 across Canada by a market
research firm (“recruitment company”). The recruitment
company was selected based on their experience in medical
research, their ability to recruit a representative sample of
participants from Canada, and their adherence to the highest
standardsin research methodol ogy, ethical practices, respondent
rights, and personal privacy. The recruitment company did not
have accessto participants data. |nthe communications between
our team and the recruitment company, participants were
referred to by their unique code, which did not identify them,
to protect participants' confidentiality. The recruitment company
recruited patients with cancer via physicians and patient
advocacy groups and contacted them via email and telephone.
The recruitment company screened potential participants for
the following criteria: identified as male, had internet access,
able to read and write in English/French, aged 18-45 years,
diagnosed with new/recurrent cancer within the past year, and
not in fertility treatment. Individuals who met the eligibility
criteria and provided written informed consent were enrolled
in the study. Once the target sample of 40 participants was
reached, recruitment was terminated.

Participants

Guidelines for this phase of the evaluation of web-based
interventions suggest that a sample of at least 20 users is
required for statistical significance[33]. To account for possible
attrition, we aimed to recruit 40 men. The recruitment company
contacted 586 patients with cancer; 63 agreed to be screened,
43 were €eligible and consented, and 40 completed the study.
Of these 40 men, 24 were recruited via referrals from health
careproviders, 11 viapatient referrals, and 5 viathe recruitment
company’s database.
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Procedures

After providing informed consent online, participants created
an app account, completed pre—app usage questionnaires, and
gained access to the app for 2 weeks. This period was selected
based on our previous experience [34], where app usage tended
to drop off after 2 weeks. After app use, participants were
blocked from viewing the app and directed to post—app usage
guestionnaires. After completing the questionnaires, participants
regained app access. To reduce attrition, participants were sent
up to 3 reminder emails to complete questionnaires and use the
app. Participants received CAD $150 from the recruitment
company upon study completion. See Multimedia Appendix 3
for the study’s procedures.

M easures

Background Questionnaire

Participants provided information about their sociodemographic
characteristics, including relationship status, age, ethnicity,
immigrant status, education, income, religion, and parity.
Participants were also asked whether anyone had spoken to
them about the impact of cancer on fertility, whether they
received information about fertility preservation, and if so,
whether they received al the information they needed, their
most recent cancer diagnosis, and the age at which they received
it, and their current cancer status.

Fertility Knowledge and Preservation

After app use, participants were asked (1) whether the app
increased their knowledge of fertility in relation to cancer, using
a scale from 0 (“No, not at al”) to 3 (“Yes, quite alot”); (2)
whether they made a decision about sperm banking during the
study (yes/no); and (3) if they selected “yes,” they were asked
what decision they made (eg, | banked my sperm), and what
factors helped them make the decision.

IAM

ThelAM was used to evaluate participants' ratings of the app’s
information. The measure was devel oped to assesstherelevance,
cognitive impact, use, and health benefits of web-based health
information and has been validated with patients and consumers
of web-based health information [35,36]. Our team adapted the
8-item measure from the 2019 IAM version for Fertility and
the IAMA4AIl. All items are considered individually. No total
scores or cutoffs exist.

uMARS

The uUMARS was used to measure participants’ rating of the
app’s quality. This 20-item measure consists of 4 subscales.
The Engagement subscale measures whether the app is
interesting, customizable, and interactive; the Functionality
subscal e asks about the app’s functionality and navigation; the
Aesthetics subscal e asks about the app’s visual appeal; and the
Information subscale asks whether the app contains credible,
high quality information. Each subscale is measured on ascale
from 1-5; higher scores represent higher ratings. The mean score
is obtained by averaging the 4 subscales’ scores. An additional
4 items measuring the app’s subjective quality can be averaged
to obtain asubjective quality score. The uUMARS was devel oped
by Stoyanov et a [37] and tested in a sample of Australians
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aged 16-25 years. The Flesch-Kincaid readability test indicated
that the uUMARS required agrade 8 reading level [37]. Thetotal
score demonstrated excellent internal consistency (0=.90) and
interrater reliability (intraclass correlation=0.79) [38]. Each
subscal e demonstrated satisfactory consistency, with Cronbach
alpharanging from .70 to .80 [37].

Qualitative and Quantitative Data on App Usage

To capture participants experiences using the app, our team
developed open-ended questions.

1. Pleasedescribeany fertility topicsor featuresthat were not
included in the app and that you would have liked to be
included. Please tell us why you want those topics or
features to be included.

2. Pleasetell uswhat you liked best about the app and why.

3. Pleasetell uswhat you liked least about the app and why.

We present quantitative datafor the following app usage metrics:
unique pageviews and thumbs-up/down assessments.

Quantitative Analyses

No questionnaire datawere missing. Quantitative analyseswere
performed using SPSS (IBM Corp). Descriptive quantitative
analyses were used to assess participants sociodemographic
characteristics and informational needs, the influence of the app
on treatment decisions and fertility knowledge, and evaluation
of the app’s information and quality. Given the small sample
size (N=40), we did not conduct multivariate analyses. However,
descriptive statistics were sufficient in  answering our
overarching question regarding the usability of the app in
conjunction with the qualitative feedback.

App Usage

The app company compiled the app usage metrics. For each
participant, the numbers of unique pages viewed and
thumbs-up/down assessments were extracted. These metrics
were presented astotals and were al so classified into categories:
medical (11 articles), legal (3 articles), or psychosocia (5
articles; Multimedia Appendix 1). Developed for analytic
purposes, these categories were not seen by participants. If a
participant visited a page multiple times, it was only counted
once. No app usage data were missing.

Qualitative Feedback

All participants responded to the open-ended questions assessed
in the questionnaires delivered after using the app. Their
feedback was analyzed by 2 researchers (KK and ENG) on a
qualitative data analysis software (NVivo, QSR International)
using directed content analysis with an iterative approach [39].
A directed content analysis approach allows researchersto use
predetermined codes. The UMARS dimensions of aesthetics,
functionality, engagement, and information guided analyses
and were used as the pre-existing codes. These categories
allowed researchers to understand participants’ qualitative
feedback in relation to the quantitative data, which also looked
at users' perceptions of the app on these quality rating scales.
After the first round of coding, discrepancies were discussed
and resolved between 2 researchers.
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Results

Sociodemographic Data

The sample consisted of 40 patients with cancer, all of whom
accessed the app in English (see Multimedia Appendix 4 for
sociodemographics). The age range was 27-45 years (mean
36.93 [SD 5.48] years). Most participants werein heterosexual
relationships (27/40, 68%), followed by single (8/40, 20%), and
in nonheterosexual relationships (5/40, 13%). More than half
of the men had children (22/40, 55%), and most indicated that
they would like to have children in the future (33/40, 83%).
Most were White (25/40, 63%), born in Canada (35/40, 88%),
had an income between CAD $50,000-CAD $89,999 (19/40,
48%), had a high school or CEGEP (Collége d'enseignement
général et professionnel) education level (23/40, 58%), and were
not religious (25/40, 63%). During the study, approximately
68% (27/40) of the participants were in cancer treatment, 25%
(10/40) in partial remission, and 8% (3/40) in remission, with
an average remission time of 1 year (SD 1.73, range 0-3). The
most common diagnoses were prostate cancer (7/40, 18%),
testicular cancer (7/40, 18%), skin cancer (5/40, 13%), and
bladder cancer (4/40, 10%). The average age of diagnosis was
36.1 (SD 5.49) years (range 26-45 years).

Information Seeking

Of the 40 participants, 27 (68%) indicated that no one had ever
spoken to them about the impact of cancer on fertility and 34
(85%) had not received information on fertility preservation.
Of those who did receive this information, 67% (4/6) did not
get al the information they needed.

App Usage

On average, participants viewed 99% (18.80/19) of the app’s
articles (SD 0.97, range 13-19), and specifically 99% of the
medical articles (10.93/11, SD 0.27, range 10-11), and 98% of
psychosocial articles (4.88/5, SD 0.79, range 0-5). All
participants viewed each of the 3 lifestyle articles. Participants
gave athumbs-up to an average of 7.85 (SD 7.94, range 0-19)
articles and specifically to an average of 4.53 (SD 4.59, range
0-11) medical articles, 1.40 (SD 1.39, range 0-3) lifestyle
articles, and 1.93 (SD 2.24, range 0-5) psychosocia articles.
No article received a thumbs-down.

Fertility Knowledge and Preservation

Of the 40 participants, 34 (85%) said the app increased their
fertility knowledge. Prior to the study, 95% (38/40) of men had
not banked their sperm. During the study, 23% (9/40) of the
participants made a decision about sperm banking: 1 decided
to bank his sperm, 7 are planning to do so in the future, and 1
decided not to. Of the 8 who decided to bank their sperm, 6
(75%) said the app helped them make the decision.

Evaluation of the App’s Information

80% (32/40) of the participants viewed the app to satisfy their
curiosity about a health matter (Table 1). Approximately 83%
(33/40) found the information relevant, 95% (38/40) understood
theinformation well, and 83% (33/40) |earned something new.
Of the 78% (31/40) who used the information for themselves,
90% (28/31) said theinformation hel ped them better understand
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aparticular health issue. Of the 85% (34/40) who benefited (or  problem and 53% (18/34) said it facilitated their communication
expect to benefit) from the information, 79% (27/34) said the  with health professionals.
information helped them feel less worried about a health
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Table 1. Dataonthe app’sinformation evaluated by the Information Assessment Method (IAM) (N=40).

Gelgoot et a

Information Assessment Method question

Values, n (%)

Why did you look on thisapp for information?

To answer a question about my health

To answer a question about the health of someone else
To satisfy my curiosity about a health matter

To help me decide if | should see a health professional
To prepare myself before talking to a health professional

To follow up on the information given by a health professional

To find choices different from those given by a health professional

Isthe app’sinformation relevant?

Very little relevant
Somewhat relevant
Relevant

Very relevant

Did you under stand the app’sinformation?

Very poorly
Poorly

Well

Very well

What do you think about the app’sinformation?

Did you or will you use the app’sinformation for your self?

Now | know something new

Thisinformation says | did or | am doing the right thing
Now | am reassured

| am reminded of something | already knew

Now | want to learn more about this health matter

| am not satisfied with this information

| think thereis a problem with thisinformation

| think this information could be harmful

Yes

No, not for myself, but | used this information for someone else

No, | did not use thisinformation for myself or for someone else

If yes, how did you or will you useit?

Did you (do you expect to) benefit from the app’sinformation?

Thisinformation helped (will help) me to better understand a particular i ssue about

my health.

| did not know what to do, and thisinformation helped (will help) me makeadecision

about my health.

| knew what to do, and | used (will use) this information to be more certain about

my health care.

| was doing (going to do) something concerning my health, and | used (will use) this

information to do it differently.

| used (will use) thisinformation in a discussion with a health professional

Yes

27 (68)
12 (30)
32 (80)
13(33)
8 (20)
5(13)
6(12)

3(8)

4 (10)
19 (48)
14 (35)

0
2(5)

23(58)
15 (38)

33(83)
21 (53)
22 (55)
10 (25)
16 (40)
3(8)

0

0

31(79)
6 (15)
3(9)

28 (90)

16 (52)

12 (39)

4(13)

2(7)

34 (85)
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Information Assessment Method question Values, n (%)
No 6 (15)

If yes, how did you (do you expect to) benefit?
Thisinformation helped (helps) me feel less worried about a health problem 27 (79)
This information made (makes) me more satisfied with health care | receive 16 (40)

Thisinformation allowed (will allow) me to better communicate with ahealth pro- 18 (53)
fessional

Because of thisinformation, | was (will be) more involved in decisions about my 14 (41)
health

Thisinformation helped (will help) me to better handle a problem with my health 9 (27)

This information helped (will help) me prevent a health problem or theworsening 2 (6)
of ahealth problem

This information helped (will help) to improve my health 1(3

. , . functionality. Thelowest rated subscal e was engagement, though
Evaluation of the App’s Quality it was still rated 3.63/5.00 on average. Most men would
Participantsrated the app’s quality highly (Table2). Theaverage  recommend the app.

quality rating was the highest for information, followed by
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Table 2. App quality analysis using the user version of the Mobile App Rating Scale (UMARS) (N=40).

uMARS item Value
Objective quality subscale, mean (SD)

Engagement (range 2.20-4.80) 3.63(0.75)

Functionality (range 2.25-5.00) 4.06 (0.74)

Aesthetics (range 2.67-5.00) 3.84 (0.65)

Information (range 3.00-5.00) 4.14 (0.61)

Objective quality total score (range 3.02-4.84) 3.92(0.62)
What isyour overall (star) rating of the app? (range 2.00-5.00), mean (SD) 3.75 (0.54)
App rating, n (%)

1 (One of the worst apps |’ ve used) 0

2 13

3 (Average) 9(23)

4 29 (73)

5 (One of the best apps I’ ve used) 1(3)
Would you recommend this app to people who might benefit from it? n (%)

Not at all 0

Very few people 3(8)

Maybe 12 (30)

Many people 17 (43)

Definitely 8(20)
How many times do you think you would use thisapp in the next 12 months? n (%)

None 3(8)

1-2 7(18)

310 20 (50)

10-50 9(23)

>50 1(3)
Would you pay for thisapp? n (%)

1 (Definitely not) 7(18)

2 8(20)

3 15 (38)

4 8(20)

5 (Definitely yes) 2(5)
Subjective quality total score (range 2.00-4.75), mean (SD) 3.30 (0.696)

Qualitative Feedback

Engagement

Participants liked the videos because they were “interesting”
(participant #24) and “informative’ (participant #14), and they
suggested including more videos. Men would have aso liked
the ability to connect with others, for example, to obtain
“...feedback from people who have banked sperm...”
(participant #4).

https://cancer.jmir.org/2022/2/e33594
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Functionality

Participants liked the app’s functionality, finding it “ extremely
easy to use and navigate” (participant #8) and that it had a“ very
intuitive design” (participant #9). Apart from being “neatly
organized” (participant #29), men appreciated that the app
allowed the user to “read at [his] own pace” (participant #29).

Information

Participants found the app “very educational and very useful”
(participant #36) and appreciated that it was a “one stop shop
for fertility info” (participant #23), which helped prevent
information overload: “The link to detailed information is
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available on demand, it prevents from unnecessary information
burden...” (participant #38). Participants liked that the
information was “very comprehensive” (participant #26) and
“... [was| applicable for different scenarios’ (participant #39).
However, some thought there was “too much information”
(participant #22).

Participants appreciated that the app included “a lot of good
links and honest information about [w]here to go for help”
(participant #19). They particularly liked the sperm banking
resources, saying that the app “help[ed] locat[€] sperm banks
near me” (participant #5). Participants wanted “ more cost-based
information” (participant #16), including the “average cost of
each procedure” (participant #27) and “if [each procedure is]
covered by health care...” (participant #19). Participants aso
wanted more in-depth information about the effects of cancer
on fertility, for example, about “ ... certain types of cancersand
how it affects each one differently” (participant #10).

Participants valued that the app had a “wealth of useful info
from very trustworthy sources’ (participant #17). They also
thought the information “was very easy to read” (participant
#11), and “not too complicated or jargon heavy” (participant
#7). However, 1 man would have liked if the information was
“lesswordy” (participant #30).

The app’s information made participants feel “reassured”
(participant #25): “This app really made me feel comfortable
about how | was feeling about my diagnosis and how to go
about my family’sfuture” (participant #2). Men also mentioned
that the information “ma[de] [him] feel safe and confident to
look at donating sperm and how to do it” (participant #36).
Though some found the information “depressing at times’
(participant #6), overall men appreciated the “very supportive
tone” of the app (participant #31).

Discussion

Principal Findings

Overal, participants valued Infotility XY as a source of
comprehensive, relevant, and accessible information. Most
participants had not received information about the impact of
cancer on fertility or fertility preservation prior to the study.
Those who did receive this information did not receive al the
information they needed. After app use, most men felt that their
fertility knowledge increased and that the information promoted
better communi cation with clinicians, indicating that an mHealth
app may be useful in clinical practice to address the
fertility-related informational needs of male patientswith cancer.
Providing patients with written information may help initiate
fertility discussions with medical staff, leading to areferral to
areproductive specialist [40].

The fact that most participants had not received fertility
information prior to the study might have contributed to the
high engagement level. Men seemed to be motivated to learn
about fertility and sperm banking. Most participants found the
information relevant, credible, and easy-to-read. Given thelack
of oncofertility educational materials suitable for patients with
varying health literacy levels [41], our study highlights the
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possibility of presenting scientific content in simple terms that
is accessible to diverse patient groups.

Furthermore, although almost all men had never banked sperm
prior to the intervention, 8 decided to bank during the study.
Owing to lack of information, patients with cancer may not
fully participate in decision-making regarding their future
fertility, which can prevent them from banking sperm [42]. Our
results indicate that an mHealth app can empower patients to
feel morein control of their reproductive health and be proactive
in preserving fertility. Furthermore, the information helped
participants feel comforted and reassured that they were making
the right decisions about their fertility. Thus, our study
demonstrates the potential of an mHealth app to help address
the fertility concerns of patients with cancer by providing
evidence-based information in a supportive manner.
Additionally, based on participants feedback, future mHealth
apps should present a significant proportion of content in video
format to help users with different heath literacy levels
understand and retain the material. A chat option may also
benefit patients by allowing them to seek social support [43].

Study Limitations and Strengths

This study has several limitations. First, there may have been
selection bias since participants volunteered to enroll in the
study. Thus, our sample may not fully reflect the broader
population of male patients with cancer. As we remunerated
participantsin appreciation of their involvement in the research,
they may have felt more inclined to complete the study or
provide more positive feedback about the app, which may have
introduced bias into our results. Second, since our sample was
small and did not include Francophones, French content was
not evaluated, potentially limiting the generalizability of results.
Third, our sample did not include men aged 18-26 years. This
subgroup might not be concerned with family building yet but
should nevertheless be informed about the impact of cancer on
fertility, and thus, it is an important group to include in future
research.

Despite these limitations, our study has notable strengths. We
used quantitative methods and content analysis, allowing for a
nuanced understanding of participants experiences using the
app. Our sample was socioeconomically diverse with respect
to income and education. There was also variation in
participants' relationship and fatherhood statuses, suggesting
generalizability of results to patients at different life stages.
Recruiting people at the hospital bedside who were in active
cancer treatment for a psychosocial research project may have
been challenging, especialy given that recruitment took place
during the COVID-19 pandemic. Therefore, using arecruitment
company who could recruit participants remotely allowed for
us to successfully recruit our target sample size (N=40).

Conclusions

This usability study provides preliminary support that an
mHealth app may be valuable in clinical practice by assisting
in educating patients about the impact of cancer on fertility,
thereby helping them make fertility preservation decisions and
providing comfort. To our knowledge, this study is the first to
evaluate an mHealth app providing male patients with cancer
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with evidence-based information about the impact of cancer on  to assessthe effectiveness of mHea th interventionsin improving
fertility and fertility preservation. We are in contact with patients fertility knowledge and influencing their sperm banking
professional organizations and patient advocacy groups to decisions. Further efforts are needed to increase the avail ability
engage in knowledge transfer and to plan future studies. of evidence-based mHealth apps for patients with cancer.
Randomized controlled trial swith larger samplesare warranted
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Abstract

Background: Patientswith breast cancer have avariety of worries and need multifaceted information support. Their accumulated
posts on social media contain rich descriptions of their daily worries concerning issues such as treatment, family, and finances.
It isimportant to identify these issues to help patients with breast cancer to resolve their worries and obtain reliable information.

Objective: This study aimed to extract and classify multiple worries from text generated by patients with breast cancer using
Bidirectional Encoder Representations From Transformers (BERT), a context-aware natural |anguage processing model.

Methods: A total of 2272 blog posts by patients with breast cancer in Japan were collected. Five worry labels, “treatment,”
“physical,” “psychological,” “work/financial,” and “family/friends,” were defined and assigned to each post. Multiple labelswere
allowed. To assess the label criteria, 50 blog posts were randomly selected and annotated by two researchers with medical
knowledge. After the interannotator agreement had been assessed by means of Cohen kappa, one researcher annotated all the
blogs. A multilabel classifier that simultaneously predicts five worries in a text was developed using BERT. This classifier was
fine-tuned by using the posts as input and adding a classification layer to the pretrained BERT. The performance was eval uated
for precision using the average of 5-fold cross-validation results.

Results: Among the blog posts, 477 included “treatment,” 1138 included “ physical,” 673 included “psychological,” 312 included
“work/financial,” and 283 included “family/friends” The interannotator agreement values were 0.67 for “treatment,” 0.76 for
“physical,” 0.56 for “psychological,” 0.73 for “work/financial,” and 0.73 for “family/friends,” indicating a high degree of
agreement. Among all blog posts, 544 contained no label, 892 contained one label, and 836 contained multiple labels. It was
found that the worries varied from user to user, and the worries posted by the same user changed over time. The model performed
well, though prediction performance differed for each label. The values of precision were 0.59 for “treatment,” 0.82 for “ physical,”
0.64 for “psychological,” 0.67 for “work/financial,” and 0.58 for “family/friends.” The higher the interannotator agreement and
the greater the number of posts, the higher the precision tended to be.

Conclusions: This study showed that the BERT model can extract multiple worries from text generated from patients with
breast cancer. This is the first application of a multilabel classifier using the BERT model to extract multiple worries from
patient-generated text. The results will be helpful to identify breast cancer patients worries and give them timely social support.

(JMIR Cancer 2022;8(2):€37840) doi:10.2196/37840
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Introduction

Breast cancer isthe most diagnosed female cancer worldwide,
and treatment can last for 5 to 10 years, making this a familiar
disease that women will live with for along time[1-3]. Patients
with breast cancer have multiple worries about treatment, family,
finances, and so on, and these worries change over time.
Although support for themis provided by medical professionals,
patients' worries are sometimes overlooked in clinical settings

[4].

Currently, many patients use social mediaasasource of medical
information [5]. Patient-generated text such as posts and
comments are accumul ated on theinternet and contain awealth
of information about patients' experiences and daily worries.
It may be possible to use thisinformation to help patients solve
their problems and improve their quality of life. However, the
substantial amount of text and the variable reliability of
information on social media makeit difficult for patientsto get
the accurate information they seek [6]. This large amount of
social media data has become a new source of medical
information and atarget for natural language processing (NLP)
[7,8].

Document classification by NLP can be used to extract
information from text. Thistechniqueisuseful for automatically
identifying worries from patient-generated text and helping
patients with breast cancer obtain appropriate information to
resolve their worries. Although there are many NLP studies on
portalsfor patientswith breast cancer, most of them are content
analyses that objectively analyze the contents of media
Although content analysis research can find multiple worries,
the extracted worries cannot be defined. In contrast, document
classification can set target worries and find them, but so far,
there have been few document classification studies [9], and
studies targeting worries are particularly rare. Therefore, it is
necessary to create a document classification model that can

https://cancer.jmir.org/2022/2/e37840

automatically extract multiple worriesfrom text generated from
patients with breast cancer.

There has been much research on using NLP to extract topics
and worries from patient-generated text automatically. Many
studies used rule-based, bag-of-words, and topic models such
aslatent Dirichlet allocation (LDA) [10-12], and there remains
room for improvement in extracting worries from the variously
expressed patient descriptions in these models. These models
have particular difficulty in dealing with context, but context
can be used by deep-learning methods such as long short-term
memory (LSTM) and Bidirectional Encoder Representations
From Transformers (BERT), which has proved to be state of
theart in several NLP tasks[13]. While there have been studies
of patient-generated text using BERT to extract adverse drug
effects [14,15], few studies have been conducted on text
describing multiple worries that patients often have at the same
time. There are some previous reports in which sentiment
classification of patient-generated text was conducted using
LSTM [16]. However, these only apply one label to one
document and do not address multiple worries within asingle
document.

The purpose of this study was to develop a multilabel
classification model using BERT to automatically extract
multifaceted worriesfrom text generated by patientswith breast
cancer.

Methods

Data Set

In this study, blog articles on Life Palette [17], one of the
internet patient communitiesin Japan, were used. All thearticles
were written in Japanese. The data source consists of 13,570
postswritten by 289 usersfrom March 2008 to November 2014.
A total of 2272 breast cancer posts were extracted as adata set,
excluding drafts and duplicates (Figure 1).
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Figure 1. Overview of data processing and model function. (A) Data selection criteriaand model training and testing process; (B) post |abel prediction
model functions and outputs. * In Japanese sentences, the object is sometimes omitted, so the presumed object was judged from the context and added
in parentheses. BERT: Bidirectional Encoder Representations From Transformers.
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Family/ -I don‘t want to tell my husband (* about my disease).
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. Health, Labour and Welfare in Japan) and the Declaration of
Ethical Approval Helsinki and itslater amendments. Consent to use the datafrom
This study was approved by the ethics committee of the Keio  |_ife Palette for research purposes was obtained at the time of
University Faculty of Pharmacy (approval No 191218-2, yser registration. In this study, all data were analyzed
190301-1). All procedures were performed in accordance with  anonymously and informed consent for this research was waived

the Ethical Guidelines for Medical and Health Research  due to the retrospective observational design of the study.
Involving Human Subjects (settled by the Ministry of Education,

Culture, Sports, Science and Technology and the Ministry of
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Annotation

The annotation criteriawere defined based on previous studies
[18]. To assessthe reliability of the annotation criteria, 50 blog
posts were randomly selected from the data set and annotated
by two researchers with medical knowledge (authors TW and
SH). After assessment of interannotator agreement (IAA) by
means of Cohen kappa, one researcher (TW) annotated all the
blogs. Cohen kappa takes a value close to 1 if the annotators
are in perfect agreement; less than 0 is poor, 0-0.2 is dight,
0.21-0.4 is fair, 0.41-0.6 is moderate, 0.61-0.8 is substantial,
0.81-1 isalmost perfect [19].

Based on the“ Shizuoka Classification” [20], whichisamethod
for classifying the worries of patients with cancer in Japan, the
following five labels were established: “treatment,” “physical,”
“psychological,” “work/financial,” and “family/friends’ (Table
S1 in Multimedia Appendix 1). If a single blog post contains
descriptions of multiple worries, multiple labels were allowed.

Model Structure

In this study, amultilabel classifier was built from the annotated
multilabel data set to deal with multiple descriptions of worries.
To develop the classifier, BERT, a state-of-the-art NL P model
that can take context into account, was used. BERT is trained
via a two-step learning process. The first step is pretraining
using a large amount of text data and the second step is
fine-tuning the model from new data.

The model was built by fine-tuning the pretrained Japanese
BERT model of the Inui and Suzuki Laboratory, Tohoku

Watanabe et al

University [21] (BERT-base model; 12 layers, 768 dimensions
of hidden states, and 12 attention heads, tokenizer: MeCab [22],
external dictionary: mecab-ipadic-NEologd [23]) from the
annotated multilabel data set. Due to the capability of the
pretrained model, the input was limited to 512 words, starting
from the beginning of the sentence.

The[CLS] token and [ SEP] token were added at the beginning
of the sentence and at the end of the sentence, respectively. This
was used as input to the BERT model. The model consists of a
pretrained BERT and afully connected layer, and the activation
function was a sigmoid function that outputs five labeled
positive/negative results. The model was built with reference
to the previous study [24]. Theinput to the fully connected layer
was the vector corresponding to the [CLS] token in the output
vector of the pretrained BERT. The hyperparametersthat could
be adjusted prior to training were defined as follows. The loss
function was cross-entropy, batch sizewas 16, five epochswere
run, early stopping was not set, and all parameters were
fine-tuned, including the pretrained BERT from Adam with a
learning rate of 1e-5 (Figure 2).

Inthe BERT modél, it is possible to incorporate a self-attention
method that allows indicating which part of the output text has
been paid attention to. Visualizing the attentions can be useful
in interpreting the results of “black box” machine learning
models. Therefore, in this study, the attention parts of each blog
post were visualized and used as areferencefor interpreting the
labeling results.

Figure2. Model structure developed in this study. The input is the post sentence with [CLS] token and [SEP] token added at the beginning and at the
end, respectively. The output is 0/1, corresponding to negative/positive of each label. BERT: Bidirectional Encoder Representations From Transformers;

dim: dimension.
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Task and Metrics

A multilabel task was performed to classify five labels
simultaneously. The performance was evaluated in terms of
precision, F score, and exact match accuracy, which indicates
the percentage of correct predictionsfor all labels. Asaway to
use the research, we envision the construction of aninformation
provision system tail ored to each patient’s problems. Therefore,
we focused on precision so as not to provide unmatched
information and i nadvertently impose aburden on patientswith
breast cancer. The data set was divided into training data and
test datain aratio of 4:1, and the model was evaluated using
the average of 5-fold cross-validation results to confirm its
robustness.

Moreover, to examinethe effect of the upper limit of the number
of input words on the model performance, the performance for
blog posts with over 512 words, that for al posts, and that for
posts with 512 words or |ess were compared.

Results

Data Set Analysis

The mean number of words per blog post in the data set was
464.9, the median was 357, and the maximum was 6746. The

Watanabe et al

number of documents with more than 512 words was 723
(31.8% of al blog posts; Figure S1 in Multimedia Appendix
1).

Annotation

The lAA values were the highest for “physical” and the lowest
for “psychological” (Table 1). Thistime, the labels except for
“psychological” showed a high degree of agreement with IAA
values higher than 0.61, corresponding to “substantial”
precision. The complete label agreement rate that indicates all
the label-matched blog posts was 0.40.

The number of blog postswas highest for “physical” and lowest
for “family/friends’ (Table 1). The number of labels per blog
post was the highest for single label posts and the lowest for
postswith al fivelabels. Articleswith nolabelsat all amounted
to 544 (23.9%), and articles with a single label and multiple
labels amounted to 892 (39.3%) and 836 (36.8%), respectively
(Table 2). In addition, it was found that there were differences
in worries among users, and the worries expressed by the same
user changed over time (Figure S2 in Multimedia Appendix 1).

Table1. The AA?valuesand the number of posts for the five labels (N=2272).

Label IAAP Posts, n
Treatment 0.67 477
Physical 0.76 1138
Psychological 0.56 673
Work/financial 0.73 312
Family/friends 0.73 283

3 AA: interannotator agreement.

BAnnotation agreement was eval uated using Cohen kappa.

Table 2. The number of labels per blog post (N=2272).
Number of labels Posts, n (%)
0 544 (23.9)
1 892 (39.3)
2 578 (25.4)
3 199 (8.8)
4 57 (2.5)
5 2(0.2)

Model highest for “physical” (Table 3). The exact match accuracy was

The precision was 0.59 for “treatment,” 0.82 for “physical,”
0.64 for “psychological,” 0.67 for “work/financial,” and 0.58
for “family/friends.” Both the precision and the F score were

https://cancer.jmir.org/2022/2/e37840
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0.44.

The performances of postswith morethan 512 words and posts
with 512 words or less are presented in Multimedia Appendix
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Table 3. Performance of the model.

Watanabe et al

Label Accuracy (SD) Precision (SD) Recall (SD) F score (SD)
Treatment 0.81(0.01) 0.59 (0.09) 0.39(0.15) 0.44 (0.09)
Physical 0.81 (0.01) 0.82 (0.02) 0.80 (0.02) 0.81(0.01)
Psychological 0.77 (0.03) 0.64 (0.04) 0.54 (0.08) 0.58 (0.04)
Work/financial 0.88 (0.02) 0.67 (0.10) 0.28 (0.05) 0.38(0.03)
Family/friends 0.88 (0.02) 0.58 (0.11) 0.33(0.07) 0.41 (0.07)
Macro average 0.83(0.01) 0.66 (0.04) 0.47 (0.05) 0.52 (0.03)
Discussion Features of the Data Set

Principal Findings

Thisisthefirst report of amultilabel classifier using the BERT
model to extract multiple types of worriesin patient-generated
text, and our results indicate that BERT is effective for this
purpose.

Comparison With Prior Work

Our model can extract multipleworriesfrom asingle post. There
have been some NLP studies that have dealt with multiple
worriesin patient-generated text [ 18,25]. However, these studies
used a multi-class classification that allows only one label per
document and could not find multiple worries contained in a
single document. Similar to this study, there was a previous
study on classifying blog sentences with worry descriptions
[18]. However, the previous study deat with binary
classification and short text, while our study dealt with
multilabel classification and long text. Furthermore, our study
outperformed the previous one in F score. Some studies have
used amultilabel classifier of patient-generated messages based
on the viewpoint of medical professionals [26,27]. In contrast,
a noteworthy feature of this study was the classification of
patient-generated text from the viewpoint of patients.

Strength of the M odéel

A multilabel classifier may be useful for patients with breast
cancer because they may have multiple worries and the nature
of their worries may change over time. This study has
demonstrated that documents with multiple worries can be
handled using BERT. As another approach, a lot of content
analysis research has been done using topic models such as
LDA for unsupervised learning [10]. LDA is a model that
extracts multiple topics in a single document that would be
suitablefor handling awide range of patient worries. However,
this model is often used for content analysis rather than
document classification, which ultimately requires manual
interpretation of topics. An advantage of our model is that it
automatically outputs the presence or absence of worries based
on the input of sentences, so it does not require a final human
judgment and can present the results quickly. Thus, our
context-aware model is expected to be efficient for dealing with
texts generated by patients with breast cancer that contain
multiple worries and long descriptions because it extracts
worries by paying attention to descriptions based on the human
senses (Figure S3 in Multimedia Appendix 1).

https://cancer.jmir.org/2022/2/e37840

Thereliability of the data set was inferred from the annotation
results: the IAA was above 0.61, which was “substantial” for
all labels except “psychological,” indicating a high degree of
agreement. The “psychological” label tended to be judged
differently among researchers, compared with the other labels.
However, it is considered that the data set was reliable enough
as training data because the IAA values exceeded 0.41, which
indicates “moderate” reliability. In the data set of postswritten
by patientswith breast cancer, more than oneworry was actually
described in about 40% of the posts (Table 2), and it was
confirmed that the worries described by the same user changed
over time (Figure S1 in Multimedia Appendix 1), which was
in agreement with previous studies. These results suggest that
the data set was suitable for development of a multilabel
classifier.

Error Analysis

To evaluate the reliability of the model, error analysis was
conducted. Many of the false-positive cases were descriptions
of changesin “physical,” which had the highest precision, and
dealt with conditions that were not covered by the annotation
guidelines. They were similar to the “physical” descriptions,
such as postoperative recovery, chest discomfort before
diagnosis, and changes in physical condition that seemed
unrelated to cancer (eg, “1 was surprised that | could lift my
arms more than before surgery!” “One day, | was surprised at
the size of the difference between my left and right breasts,” or
“1 drank alittle wine and sake and felt dizzy”). Although there
istill room for improvement in the performance of this model
in discriminating between “ presence of distress’ and “ presence
of distress caused by breast cancer,” this model will be useful
in supporting patients with breast cancer because we were able
to extract descriptions of “physical changesthat cause distress’
in patients with breast cancer.

Limitations

First, the BERT model used in this study has great strength in
recognizing context, but the upper limit of the number of input
wordsis512. Although there was concern that the performance
might deteriorate with posts having more than 512 input words,
it was found that there was almost no difference between the
performance only for postswith more than 512 input words and
that for all posts. On the other hand, the performance for posts
with 512 input words or less was slightly inferior to that for all
posts. Based on these results, it was considered that truncation
after 512 input words had little effect on the model performance,
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whereas the lack of information due to a small number of input
words had a greater effect in this analysis. This suggests that
blog posts containing a larger number of input words than the
upper limit would not degrade model performance (Table 2 and
Table S2 in Multimedia Appendix 1).

Second, the small number of blog posts for each label in our
data set is also the limitation of this study. Our model was built
from the data set containing descriptions of five worry types.
The prediction performance of the model was different for each
label, and the higher the IAA and the greater the number of
posts, the higher the precision and the F scoretended to be. This
suggests that the IAA and the number of posts are important
factors in constructing the classifier. This problem can be
overcome by increasing the number of blog postsfor each label.

Third, the patients' blogs used in this study were written in
Japanese. It is important to develop a classification model in
Japanese, but the lack of applicability to multiple languages
may be alimitation.

Future Directions

Our findings could lead to the development of better patient
support systems and methods that can respond to temporal and
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interindividual changes in worries. Our methodology also
facilitates the identification of worries and may promote the
sharing of problems among patients. Furthermore, in the future,
by combining sentiment analysis with our model, it might be
possible to enrich the interpretation of the findings and deepen
the understanding of how breast cancer patients worries
influence their emotions. Although this study focused only on
worries about breast cancer, there are many common worries
that are not specific for breast cancer, and it is expected that the
model could be extended to other disease areas.

Conclusion

In conclusion, this study showed that the BERT model can
extract multiple worries, such as “treatment,” “physical,”
“psychological,” “work/financial,” and “family/friends,” from
text generated by patients with breast cancer. This is the first
study to deal with multiple patient worries using BERT and
demonstrates the usefulness of NL P techniquesin dealing with
patient-generated text. The results will be helpful to identify
breast cancer patients’ worries and give them timely social
support.
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Abstract

Background: Immunotherapy and targeted therapy treatments are novel treatments available for patients with metastatic and
adjuvant melanoma. As recently approved treatments, information surrounding the patients’ and caregivers’ experience with
these therapies, perceptions of treatments, and the effect the treatments have on their day-to-day life are lacking. Such insights
would be valuable for any future decision-making with regard to treatment options.

Objective: This study aims to use health-related social media data to understand the experience of patients with adjuvant and
metastatic melanoma who are receiving either immunotherapy or targeted therapies. This study aso included caregivers
perspectives.

Methods: Publicly available social mediaforum posts by patients with self-reported adjuvant or metastatic melanoma (and their
caregivers) between January 2014 to October 2019 were programmatically extracted, deidentified, cleaned, and analyzed using
acombination of natural language processing and qualitative data analyses. This study identified spontaneously reported symptoms
and their impacts, symptom duration, and the impact of treatment for both treatment groups.

Results: Overall, 1037 users (9023 posts) and 114 users (442 posts) were included in the metastatic group and adjuvant group,
respectively. The most identified symptoms in both groups were fatigue, pain, or exanthema (identified in 5%-43% of patients
dependent on the treatment group). Symptom impacts reported by both groups were physical impacts, impacts on family, and
impacts on work. Positive treatment impacts were reported in both groups and covered the areas of work, social and family life,
and general health and quality of life.

Conclusions: This study explored health-related social media to better understand the experience and perspectives of patients
with melanoma receiving immunotherapy or targeted therapy treatments as well as the experience of their caregivers. This
exploratory work uncovered the most discussed concerns among patients and caregivers on the forums including symptoms and
their impacts, thus contributing to a deeper understanding of the patient/caregiver experience.

(JMIR Cancer 2022;8(2):€34073) doi:10.2196/34073

KEYWORDS

health-related social media; patient-centric; melanoma; adjuvant; metastatic; immunotherapy; targeted therapy; natural language
processing; patient experience; cancer; cancer therapy; patient perspective; social media; patient experience; caregiver experience
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Introduction

Background

Melanoma is a skin cancer that arises from uncontrolled
proliferation of melanocytes. It isthe fifth most common cancer
in the United Kingdom, accounting for nearly 5% of al new
cancer cases[1]. Inthelast 10 years, the incidence of melanoma
has increased by more than 50% in the United Kingdom and is
further projected to increase by 7% between 2014 and 2035
[2,3]. The worldwide incidence of melanoma has also steadily
increased over the last decades, ranging between 4% and 6%
in North America, Australia, and New Zealand [4].

Survival rates for melanoma depend on the disease stage; for
example, 1-year net survival at stage | is similar to that of the
general population; however, survival at stage |V ishistorically
much lower [5], with the median reported at just 6 to 10 months
[6]. Surgery, while effective for early stages of melanoma, isa
less effective treatment option for patients with metastatic or
late-stage disease [ 7]. Newer therapies such asimmunotherapy
treatments and targeted therapies (TTs) have shown good
efficacy in the treatment of metastatic melanoma and have
shifted the treatment paradigm [8,9]. TTsblock the growth and
spread of cancer by interfering with specific moleculesthat are
involved in the growth, spread, and progression of cancer. These,
however, arelimited to patients who carry the BRAF V600E/K
mutations, the prevalence of which in melanoma is estimated
to be ~40% to 50% [10-12]. Dabrafenib plus trametinib
combination therapy isroutinely used asaTT and waslicensed
for use in metastatic melanoma with BRAF V600E or V600K
mutationsin August 2015 [13]. Dabrafenib with trametinib has
also been recommended for adjuvant treatment of adults with
resected stage |1l BRAF V600 mutation-positive melanoma
[14]. The European Society for Medical Oncology 2019
guidelines for metastatic melanoma suggest that patients be
treated with nivolumab, nivolumab/ipilimumab, or
pembrolizumab in the first-line setting, and for patients with
BRAF V600 mutation, vemurafenib/cobimetinib (not
recommended by the National Institute for Health and Care
Excellencein the United Kingdom). Dabrafenib/trametinib and
encorafenib/binimetinib can also be considered [15].

While trial data on these therapies are shown to have survival
benefit, there are few reports regarding patients' experiences
while undergoing treatment. Social media provides an
opportunity to unveil a more personal and firsthand view on
patients and caregivers perspectives and experiences with
melanoma receiving treatment.

Health-related social mediahas substantial potential asasizesble
real-world data source due to available posts from thousands
of patients and caregivers that would be hard to capture in
traditional data sources. These experiences are reported in a
setting with no researcher or medical professional present.
Furthermore, in June 2018 the US Food and Drug
Administration (FDA) encouraged the use of social media to
understand the patient perspective [16]. Studies have aso
suggested that real-world datafrom social media can provide a
better understanding of the patient’s behavior, quality of life,
adverse events, and any episodes[17,18].

https://cancer.jmir.org/2022/2/e34073
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Objectives

The objective of this study was to use publicly available
health-related social media data (ie, discussions on
melanoma-specific patient online forums) to understand the
experience of patients with adjuvant and metastatic melanoma
receiving immunotherapy or TTs and their caregivers. The
reported symptoms and their associated burden such as physical
impacts, impacts on family, and impacts on quality of life were
of specific interest in this study.

Methods

This was a retrospective analysis of existing publicly available
discussions posted from January 2014 to October 2019 (study
period) in social media forums for patients with self-reported
adjuvant or metastatic melanoma and their caregivers.

Data Source

To determine the feasibility of addressing the study objectives
and to select the forums for inclusion in the study, afeasibility
evaluation was conducted via a manual search and inspection
of existing social media forums (finalized in May 2019). The
search strategy focused on i dentifying mel anoma-specific patient
forums using relevant search terms such as “ melanoma patient
forums” and “melanoma discussion boards” Generic social
media forums (eg, Facebook and Twitter) were not considered
due to the high level of noise (ie, irrelevant material).

Searches for social media forums were conducted using the
Google Search engine for both the United Kingdom and the
United States to get a complete picture of the available
melanomaforum landscape. Thefirst five pages of resultswere
screened by title, and relevant forums were summarized.

Disease-specific social media forums were selected based on
their relevance to disease experience, user profile (melanoma
patients or caregivers), being currently active (ie, multiple posts
in recent months to accurately reflect the most up-to-date
discussions among parents/caregivers), posts in the English
language, and material being freely available for anyone to
access and read, with no registration required. No geographical
restrictionswere applied when sel ecting the social mediaforums.

Based on these criteria, forumsfrom thefollowing social media
forums were included: Melanoma International Foundation,
Melanoma Research Foundation, MacMillan Cancer Support,
Cancer Compass, and Cancer Survivors Network.

Data Preprocessing and Subsetting

Posts in the public domain on the included forums were
programmatically extracted using validated algorithms in the
R Programming Language. Upon extraction, data were
deidentified by removal of identifiable personal information
(ie, name, post or zip code, place names, email addresses, phone
numbers, socia security numbers, and conversion of raw
usernames to unique identifiers). Data were also processed to
correct for misspellings, remove non—-Unicode Transformation
Format-8 text, remove duplicate posts, and standardize all drug
names to generic names.
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Data were restricted to posts of users who began posting on or
after the start of the study period and who mentioned at least
one of the following treatments in their posts. binimetinib,
dabrafenib, encorafenib, ipilimumab, nivolumab,
pembrolizumab, or trametinib. Machine learning (ML) methods
were used to predict whether posts contained actual treatment
experiences as opposed to noise. Supervised ML agorithms
were trained and tested on a random sample of over 1000
sentencesfrom the collected data, which were manually labelled
as “treatment experience related” or “not treatment experience
related” to distinguish posts of interest and those containing
noise. The best performing model was selected and applied to
the datafor subsequent analyses so that only users whose posts
were predicted to contain actual treatment experiences were
retained.

Natural language processing (NLP) methods (eg, inspection of
clusters and n-grams) were used to stratify users into mutually
exclusive adjuvant or metastatic groups based on lexical terms
within posts. Terms derived from users' posts were combined
with those determined a priori (ie, “| had surgery” or “received
adjuvant”) to generate the final list of terms for the population
identification. The adjuvant group contained users with a
mention of having surgery and no indication of metastatic
disease, and the metastatic group consisted of users with terms
relating to metastatic disease or treatments indicated at the
metastatic setting. Users who could not be assigned to one of
the groups were excluded from analyses. NLP methods using
mentions of treatments in posts were used to further classify
usersinto one of the following treatment subgroups:

- TT: dabrafenib/trametinib,
(metastatic group only)

«  Immunotherapy: Pembrolizumab, ipilimumab/nivolumab
(metastatic group only), or nivolumab

encorafenib/binimetinib

Treatment subgroups were not mutually exclusive, and posts
were restricted to those containing the respective treatment to
ensure the specificity of the data analyzed.

Data Analysis

Symptom | dentification

Symptoms were captured using the Apache Clinical Text
Analysis Knowledge Extraction System (cTAKES) [19], aNLP
tool that maps concepts from the Unified Medical Language
System to clinical terms mentioned within posts. cTAKES was
supplemented with custom lexicons to capture lay terms used
by patients and caregivers (ie, nonclinical events). The custom
lexicons were initially compiled by using the FDA Adverse
Event Reporting System reports and further expanded upon

https://cancer.jmir.org/2022/2/e34073

Faust et al

inspection of the most frequently occurring lay terms used by
users.

The output was manually inspected, and revisions were made
where necessary to remove clinical terms incorrectly captured
as symptoms a patient experienced. Rates of symptom
occurrence were calculated as users with a co-occurrence of a
symptom mention and treatment in the same post over the
number of users with amention of the treatment.

Qualitative Data Analyses

Manual qualitative data analysis (QDA) was performed to
capture the impacts of symptoms and treatment discussed in
the forum. Due to the large volume of posts, random samples
of users were generated from the overall population included.
Full posting histories from those users were qualitatively
reviewed. This exercise was conducted separately for each
treatment group. A random sampling strategy was used to
include a holistic view of the experience of forum users.
Qualitative coding was conducted in ATLASL (version 8.4.4)
by two researchers following thematic analysis principles, and
codes were assigned to data-driven themes, categories, and
subcategories [20,21]. The posts were coded until saturation
was reached. Saturation was defined as the point at which no
new categories of codeswere generated by reviewing additional
data. Codes and themes were reviewed by aresearcher who did
not code the data.

Ethical Conduct

At the time of conducting the study, no strict guidelines on the
appropriate use of health-related social media data had been
developed. However, this study followed the recently published
ethics framework from the University of Sheffield [22]. Only
public open-access forums were used, where contents were
openly visible and there was no requirement to register or to
create a profile to view content. Terms and conditions of
included forumswere carefully reviewed to ensure compliance.
To protect user privacy, ho quotations are provided verbatim,
and the original post cannot be traced in search engines using
the text presented.

Results

Study Population

A total of 1037 users (9023 posts) and 114 users (442 posts)
were included in the metastatic group and adjuvant group,
respectively. A breakdown by treatment subgroup for each group
isprovided in Tables 1 and 2. As expected, given the timeline
of treatment approvals, the largest treatment subgroups were
nivolumab and pembrolizumab, and the smallest was
encorafenib/binimetinib.
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Table 1. Usersincluded in the metastatic group by treatment group and analyses.

Treatment subgroup? Symptom identification Qualitative data analysis
Users, n Posts, n Users, n Posts, n
Encorafenib/binimetinib 20 36 34 98
Dabrafenib/trametinib 215 659 18 30
I pilimumab/nivolumab 499 2723 34 92
Nivolumab 443 3751 27 109
Pembrolizumab 451 3171 28 78
#The treatment groups are not mutually exclusive.
Table 2. Usersincluded in the adjuvant group by treatment group and analyses.
Treatment subgroup? Symptom identification Qualitative data analysis
Users, n Posts, n Users, n Posts, n
Dabrafenib/trametinib 18 41 10 27
Nivolumab 63 263 20 61
Pembrolizumab 45 209 24 100

#The treatment groups are not mutually exclusive.

Identified Symptoms

In both groups, fatigue, pain, or exanthema were the most
mentioned symptoms by patients with metastatic melanoma or
their caregiversin the forums (Figures 1 and 2).

In the metastatic group, fatigue was the most mentioned
symptom for patients taking nivolumab (189/443, 42.7%),
i pilimumab/nivolumab (163/499, 32.7%), and
dabrafenib/trametinib (46/215, 21.4%), and pain was the most

https://cancer.jmir.org/2022/2/e34073
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common symptom in pembrolizumab (144/451, 31.9%) and
encorafenib/binimetinib (6/20, 30%). In the adjuvant group,
fatigue and pain were the most common symptoms experienced
by users in the nivolumab (n=18, 29%, and n=9, 14%, of 63
users, respectively) and pembrolizumab (n=7, 16%, and n=11,
24%, of 45 users, respectively) treatment groups, and chillsand
fever were the most common symptoms experienced in the
dabrafenib/trametinib (n=5, 28%, and 4, 22%, of 18 users,
respectively) treatment group.
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Figure 1. Heat map of the most mentioned symptoms, metastatic group, by treatment group.

. . Ipilimumab/ Dabrafenib/ Encorafenib/
Nivolumab Pembrolizumab Fl:‘li\rolumab Trametinib Binimetinib
Fatigue 30.2% 32.7% 21.4% 5.0%
Pain 28.9% 31.9% 26.3% 20.5% 30.0%
Exanthema 23.3% 14.9% 19.8% 12.6% 10.0%
Swelling 14.5% 12.6% 10.8% 14.0% 10.0%
Fever 12.0% 9.8% 11.6% 20.9% 0.0%
Nausea 14.9% 9.1% 12.8% 9.8% 10.0%
Tired 14.7% 10.0% 10.8% 6.1% 0.0%
Spots on skin 12.6% 11.5% 7.6% 7.4% 5.0%
Pruritus 15.1% 8.2% 11.6% 2.8% 0.0%
Diarrhea 13.8% 6.2% 13.2% 2.8% 0.0%
Headache 12.4% 7.8% 10.2% 11.2% 10.0%
Arthralgia 11.7% 10.4% 7.8% 6.5% 5.0%
Colitis 12.2% 8.9% 12.0% 0.9% 5.0%
Stomach diseases 12.9% 8.0% 8.6% 3.3% 5.0%
Weakness 7.7% 7.5% 5.6% 6.1% 5.0%
Ache 8.1% 7.8% 6.8% 5.6% 0.0%
Bleeding 7.2% 5.5% 5.8% 7.0% 5.0%
Chills 5.9% 5.8% 5.4% 11.2% 5.0%
Malaise 7.9% 5.3% 5.8% 5.6% 5.0%
Stress 8.4% 7.1% 5.6% 2.8% 5.0%
Seizures 6.3% 5.8% 4.0% 6.5% 0.0%
Fear 7.2% 6.0% 5.2% 4.7% 0.0%
Inflammation 6.1% 7.1% 4.8% 3.7% 0.0%
Influenza 7.2% 4.9% 4.8% 4.2% 5.0%
Vitiligo 9.0% 5.8% 5.8% 0.9% 0.0%
Anxiety 7.2% 4.4% 5.0% 3.3% 5.0%
Coughing 6.3% 5.1% 4.2% 5.1% 0.0%
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Figure 2. Heat map of the most mentioned symptoms, adjuvant group, by treatment group.

Nivolumab
Fatigue 28.6%
Pain 14.3%
Exanthema 11.1%
Headache 9.5%
Diarrhea 7.9%
Pruritus 9.5%
Tired 12.7%
Chills 3.2%
Swelling 9.5%
Anxiety 6.4%
Spots on skin 7.9%
Ache 4.8%
Colitis 3.2%
Fever 3.2%
Lymphedema 11.1%
Stomach diseases 9.5%
Common cold 4.8%
Nausea 4.8%
Weakness 9.5%
Arthralgia 9.5%
Malaise 7.9%
Muscle cramp 4.8%
Ulcer 3.2%
Myalgia 3.2%
Dizziness 3.2%

Pembrolizumab Dabrafe_nl_b/
Trametinib
15.6% 11.1%
24.4% 16.7%
11.1% 5.6%
6.7% 11.1%
4.4% 11.1%
8.9% 0.0%
6.7% 0.0%
2.2% 27.8%
6.7% 5.6%
11.1% 0.0%
8.9% 0.0%
11.1% 5.6%
11.1% 5.6%
2.2% 22.2%
2.2% 5.6%
6.7% 0.0%
6.7% 5.6%
2.2% 5.6%
0.0% 5.6%
2.2% 0.0%
8.9% 0.0%
2.2% 5.6%
4.4% 5.6%
6.7% 0.0%
2.2% 5.6%

Symptom I mpacts

Metastatic Group

Symptom impacts varied by treatment subgroup; however,
physical and psychologica effects were the most common
negative impacts reported. Physical impacts included mobility
issues, being unable to drive, and overall reduced activity.
Psychological impactsincluded feelings of anxiety, depression,
frustration, worry, and loss of dignity. Negativeimpact on social
life was reported among the dabrafenib/trametinib and
nivolumab treatment groups, and disturbed sleep was reported
among the binimetinib/encorafenib, nivolumab, and
ipilimumab/nivolumab treatment groups; however, they were
reported less frequently. Patientsin theimmunotherapy and TT
groups reported impacts on their physical ability, including their
day-to-day tasks and ability to perform activities requiring
mobility:

https://cancer.jmir.org/2022/2/e34073

His quality of life has extremely deteriorated and he
is now unable to perform physical activities
[Caregiver]

As treatment continues, | have developed panic
attacks [Patient]

Adjuvant Group

Findings for the adjuvant group were limited due to the small
sample size; however, adverse impacts on family life (“Sheis
too weak to enjoy spending time with her” [caregiver]) and
physical impacts (“heel pain wasn't bad at the start, but now |
sometimesfeel | can barely walk” [patient]) wereidentified. In
addition, reduction of perceived quality of life (“the fatigue is
really bothering the husband” [caregiver]) and impact on work
(“1 changed my work schedule as | was worried about side
effects’ [patient]) was reported [Table 3].
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Table 3. Impacts of symptoms by group.

Faust et al

Metastatic group

Adjuvant group

Physica impacts Bedridden o Inability to walk
Less active o Taking abreak from running
Difficulty doing physical activity « Unableto exercise as before

Difficulty exercising

Difficulty moving
Difficulty walking

Unableto drive
Psychological impacts Anxiety
Concern
Conflicted
Depression
Frustration
Loss of dignity
Nervous

Panic attack
Worried

Impacts on sleep . Difficulty sleeping

Difficulty getting out of bed

General impact on quality of life

«  Annoyance
o  Frustration

. NRa

« Inability to stay awake for long

Impacts on sociad life .
o  Stopped socidizing

Family/caregiver burden .

Feeling angry with patient .

Needing to plan socia outings « NR

Inability to enjoy time with grandchildren

«  Emotional impact to family

Impacts on work « Interruption to work

«  Changing work schedule
o Taking time off from work

3NR: not reported.

Symptom Duration

Metastatic Group

Symptoms lasting less than a week appeared most common
among patients receiving dabrafenib/trametinib, and longer-term
sequelae appeared most common among patients receiving
i pilimumab/nivolumab. Short-term symptoms (ie, those lasting
up to 1 week) included fever, headache, fatigue, and soreness.
Longer-term ones (ie, lasting longer than 1 week) included liver
issues, nausea, diarrhea, and fatigue.

Adjuvant Group

M orethan one-third of patients receiving dabrafenib/trametinib
or nivolumab mentioned symptom duration. Similar to the
metastatic group, short-term symptoms appeared more
frequently in patients receiving dabrafenib and trametinib, while
longer-term i ssues were most commonly mentioned by patients
receiving nivolumab. Examples of longer-term symptoms
included liver problems, headache, colitis, and joint issues.

Impacts of Treatment

Metastatic Group

In the metastatic group, the positiveimpacts mentioned by forum
usersincluded effects on their general health and quality of life,
physicality, work, and socia life or family. Patients mentioned
feeling better and happier, and being able to continue life as

https://cancer.jmir.org/2022/2/e34073

normal because of their treatment. Positive physical effects
included gaining weight, looking better, being able to exercise,
and feeling stronger. Examples of the positive influences for
TTsinclude:

I can work and compl ete tasks as usual [patient]

This is the first time in months that | have felt like
myself [patient]
For immunotherapy:

Astime progresses, heisgetting stronger and gaining
some weight. Heis also doing some physical activity
everyday [caregiver]

| am able to spend time with friends and family as |
now believe | have several moreyearsto live [patient]

Negative effects of treatments on social/family aspectsand work
included not being able to travel with family, partners wanting
time off from job, and the patient having to work less.

Adjuvant Group

In the adjuvant group, forum users had discussions on
improvements in general health and quality of life, work, and
socia/family. Patients reported they felt better, worked as usual,
and spent more time with family. A user treated with TT
expressed their personal family experience:
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my grandson will be born soon. This treatment has
made it possible for me to appreciate moments that
| didn’'t think | would see

Figure 3. Positive impacts of treatment. QoL : quality of life.

L ]
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In addition, a user who underwent immunotherapy reported the
positive impact going to work had on their well-being: “1 was
till able to work, which made things seem normal.” Figure 3
illustrates the positive impacts of treatment in both groups.

Pesitive Impacts of Treatment

Metastatic Cohort

L 3

Ld

‘ Adjuvant Cohort

[

L ] L]

General Impact on
health/Qol

Physical Impact

X
Impact social/family
life

Impact on work

General Impact on
health/Qol

Impact on work

L 4
Impact social/family
life

Continuing normal

life

Doing/feeling well

Eating well

Feeling better over
time

Positive experience

Happy with results
despite symptoms
Not doing bad
Patient reports

treatment is working
well

Tolerating treatment

Able to drive to
hospital

Able to exercise

Able to go for walks

Able to perform day-

to-day activities
Appetite returned
Less tired

Stronger

Put weight back on
Looking better

No night sweats

Regained menstrual
cycles

Able to go on holiday

Able to spend time
with family and
friends

Continuing family life
as normal

Able to work full
time

Able to work at
normal pace

Feeling fine/good
No/few side effects

Doing yoga and self-
care

Living life as normal

Thankful for extra
time

Can go back to work
one day a week

Working as normal

More time to spend
with family

well

Discussion

Principal Findings

This exploratory work uncovered the most common concerns
discussed on socia mediaforums among patients with adjuvant
and metastatic melanomareceiving immunotherapy or TTsand
their caregivers. Symptoms and related physical impacts (eg,
inability to perform usua activities) were the most frequently
reported issues in both cohorts, while psychological impacts
(eg, anxiety) were aso discussed among metastatic patients.
Where discussed, treatment preferenceswere primarily focused
on reduced risk of adverse events.

To the best of our knowledge, no published research has
investigated experiences of patientswith adjuvant or metastatic
melanoma with immunotherapy and TT using health-related
social media data.

Among the metastatic group, the most common symptom
reported was fatigue in all treatment groups except for
pembrolizumab and encorafenib/binimetinib, where pain was
most common. Treatment included perceived improvementsin
genera health, quality of life, physicality, ability to work, and
patient’s social and family life. In the adjuvant group, comments
reflected enhancements of general health, quality of life, work,
and social/family interactions.

This study provides a unique perspective on patients
experiences receiving immunotherapy or TTs. It is crucid to
consider patient perspectivesto ensurethat real-life experiences
and expectations are understood, especially as new therapies
for melanoma become available. Social media not only allows
patients to share their story but aso provides a platform for

https://cancer.jmir.org/2022/2/e34073
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patients and caregiversto seek support from otherswith similar
experiences. This creates asense of community that allows users
to share positive experiences and burdens. Symptom impacts
varied by treatment subgroups, however, the negative
discussions generaly featured work, family, and the physical
aspects. The patients' and caregivers' point of view is not often
incorporated in research but does play alarge role in patients
and their families’ well-being.

Comparison to Prior Literature and Interpretation

A study that examined the extent to which social media health
data could provide insight for relative effectiveness assessment
concluded that, within oncology, these real-world data sources
can be used to assess adverse events and evaluate quality of life
[18].

To the best of the authors' knowledge, thisisthe first published
study examining the impacts of immunotherapy and TT among
patients with melanomaand their caregiversusing social media
forums. The most commonly reported symptoms by patients
with metastatic melanoma self-reporting taking pembrolizumab
were pain, fatigue, and exanthema, which aligns with some of
the common side effects previoudly reported [23,24]. Fatigue
and skin problems are some of the common side effects of
Nivolumab, which aligns with the first and third most common
symptoms identified in this study, respectively [25]. The same
common side effectswereidentified with i pilimumab-nivolumab
again mapping to those symptoms identified in this study [26].
Fatigue, nausea, diarrhea, vomiting, and abdominal pain have
been previoudly identified as common side effects of binimetinib
in combination with encorafenib [27,28]; however, our study
identified pain asthe most mentioned symptom by patientswith
metastatic melanomawho self-reported receiving thistreatment.
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Strengths and Limitations

Patients' and caregivers' firsthand experiences are potentially
likely to reflect the true opinions of the users as they are
provided spontaneously. Comments are possibly less likely to
be impacted by information bias than traditional interview
studies with no research or medical professionals present. This
exploratory analysis provides insights as to which topics were
most frequently discussed by patientswith adjuvant or metastatic
melanoma using forumsreceiving immunotherapy or TT. These
are likely to reflect those of most importance to patients. The
use of QDA allowed for further insight into factors of
importanceto patients and their caregivers, including those that
may not have been considered at study conception.

The study was not free of limitations. First, due to the nature
of the data and to respect patient privacy, the researchers were
restricted by the amount of detail provided by users. Although
all relevant detail on patients' and caregivers experienceswere
coded during the qualitative review of posts, researchers could
not ask for clarification ininstances where users did not provide
sufficient information; therefore, some detail may have been
missed for a small number of users. Second, as the study was
primarily exploratory in nature, al potentialy relevant data
were included in the analysis resulting in varied sample sizes
across treatment groups. Thus, results from the QDA should be
interpreted with caution as no statistical tests were conducted
to assess differences between treatment groups. Findings were
limited in the adjuvant group dueto the small sample size, which

Faust et al

islikely aresult of recent approvalsfor the treatments of interest
at this setting at the time of conducting the study. If repeated
for alonger time after approval, alarger sample size could be
achieved. Third, patients posting on forums cannot be considered
representative of the entire melanoma patient population. Due
to alack of consistent reporting of patient attributes (eg, clinical
and demographical characteristics), representativeness is
challenging to assess in social media forums; however, this
study was exploratory in nature with no comparative analyses.
To capture a broad patient population and mitigate bias from
nonrepresentativeness, multiple social media forums were
included with no geographical restrictions. Finally, biases in
health-related social media studies are not well understood, for
example, the extent of information bias present in users' posts.
However, no study can be considered free of bias and such bias
isnot alimitation unique to this exploratory study.

Conclusions

Thisexploratory study uncovered the most discussed symptoms
and their associated impacts among patients and caregivers
using health-related social media forums. This suggests that
these are the topics of utmost importance to patients and
caregivers influencing their lives. Future research should aim
to validate and investigate less frequently discussed topics and
could include patient questionnaires, interviews, or focus groups.
Such studies could be used to assess how important these topics
are to patients and caregivers, and to validate the findings of
this study.

Acknowledgments

Funding for this manuscript was provided by Novartis. The authorswould like to acknowledge Noami Berfeld (Evidera, London,

UK) for support in the writing of this manuscript.

Authors Contributions

All authors provided substantial contributions to the conception and design of the work, and interpretation of results and were
involved in the review and approval of this manuscript for publication.

Conflicts of Interest

GFisan employee of University Hospitals of Leicester National Health Service Trust. AB, EM, and SH are employees of Evidera
(London, UK), who were paid consultants to Novartis in connection with the development of this manuscript. HT, AN, and MS

are employees of Novartis (London, UK).

References

1. Melanoma skin cancer statistics. Cancer Research UK. URL: https.//www.cancerresearchuk.org/health-professional/
cancer-stati sti cs/statisti cs-by-cancer-type/mel anoma-skin-cancer [accessed 2019-12-31]

2. Melanoma skin cancer incidence by sex and UK country. Cancer Research UK. URL: https.//www.cancerresearchuk.org/
heal th-prof essi onal/cancer-stati sti cs/stati sti cs-by-cancer-type/mel anoma-skin-cancer/incidencettheading-Zero [accessed

2019-12-31]

3. Smittenaar CR, Petersen KA, Stewart K, Moitt N. Cancer incidence and mortality projectionsin the UK until 2035. Br J
Cancer 2016 Oct 25;115(9):1147-1155 [FREE Full text] [doi: 10.1038/bjc.2016.304] [Medline: 27727232]

4.  MatthewsNH, Li WQ, Qureshi AA, Weinstock MA, Cho E. Epidemiology of melanoma. In: Ward WH, Farma JM, editors.
Cutaneous Melanomatiology and Therapy. Brisbane, Australia: Codon Publications; 2017.

5. Cancer survival by stage at diagnosis for England (experimental statistics): adults diagnosed 2012, 2013 and 2014 and
followed up to 2015. Office for National Statistics. 2019. URL : https.//www.ons.gov.uk/peopl epopul ati onandcommunity/
heal thandsoci al care/conditionsanddi seases/bul l etins/cancer survival by stageatdiagnosi sf orengl andexperi mental statistics/

adultsdiagnosed20122013and2014andfoll owedupto2015 [accessed 2019-12-31]

https://cancer.jmir.org/2022/2/e34073

JMIR Cancer 2022 | vol. 8| iss. 2 |€34073 | p.261
(page number not for citation purposes)


https://www.cancerresearchuk.org/health-professional/cancer-statistics/statistics-by-cancer-type/melanoma-skin-cancer
https://www.cancerresearchuk.org/health-professional/cancer-statistics/statistics-by-cancer-type/melanoma-skin-cancer
https://www.cancerresearchuk.org/health-professional/cancer-statistics/statistics-by-cancer-type/melanoma-skin-cancer/incidence#heading-Zero
https://www.cancerresearchuk.org/health-professional/cancer-statistics/statistics-by-cancer-type/melanoma-skin-cancer/incidence#heading-Zero
http://europepmc.org/abstract/MED/27727232
http://dx.doi.org/10.1038/bjc.2016.304
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=27727232&dopt=Abstract
https://www.ons.gov.uk/peoplepopulationandcommunity/healthandsocialcare/conditionsanddiseases/bulletins/cancersurvivalbystageatdiagnosisforenglandexperimentalstatistics/adultsdiagnosed20122013and2014andfollowedupto2015
https://www.ons.gov.uk/peoplepopulationandcommunity/healthandsocialcare/conditionsanddiseases/bulletins/cancersurvivalbystageatdiagnosisforenglandexperimentalstatistics/adultsdiagnosed20122013and2014andfollowedupto2015
https://www.ons.gov.uk/peoplepopulationandcommunity/healthandsocialcare/conditionsanddiseases/bulletins/cancersurvivalbystageatdiagnosisforenglandexperimentalstatistics/adultsdiagnosed20122013and2014andfollowedupto2015
http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER Faust et &

6.

10.

11.

12.

13.

14.

15.

16.

17.

18.

19.

20.

21.

22.

23.

24,

25.

26.

27.

28.

Sosman JA, Kim KB, Schuchter L, Gonzalez R, Pavlick AC, Weber JS, et al. Survival in BRAF V600-mutant advanced
melanoma treated with vemurafenib. N Engl JMed 2012 Feb 23;366(8):707-714 [FREE Full text] [doi:

10.1056/NEJM 0a1112302] [Medline: 22356324]

Rughani MG, Gupta A, Middleton MR. New treatment approaches in melanoma: current research and clinical prospects.
Ther Adv Med Oncol 2013 Jan;5(1):73-80 [FREE Full text] [doi: 10.1177/1758834012463260] [Medline: 23323148]
Pasguali S, Chiarion-Sileni V, Rossi CR, Mocellin S. Immune checkpoint inhibitors and targeted therapies for metastatic
melanoma: a network meta-analysis. Cancer Treat Rev 2017 Mar;54:34-42. [doi: 10.1016/j.ctrv.2017.01.006] [Medline:
28189914]

Franken MG, Leeneman B, Gheorghe M, Buyukkaramikli N, Gerrits J, van der Helm |, et al. Comparative effectiveness
of novel treatments for advanced melanoma: a systematic literature review and network meta-analysis of effectiveness and
safety outcomes. Value Health 2017 Oct;20(9):A412-A413. [doi: 10.1016/j.jval.2017.08.090]

Ugurel S, Rohmel J, Ascierto PA, Flaherty KT, Grob JJ, Hauschild A, et al. Surviva of patients with advanced metastatic
melanoma: the impact of novel therapies. Eur J Cancer 2016 Jan;53:125-134. [doi: 10.1016/j.6jca.2015.09.013] [Medline:
26707829]

Ascierto PA, Kirkwood JM, Grob J, Simeone E, Grimaldi AM, Maio M, et a. Therole of BRAF V600 mutation in melanoma.
JTransl Med 2012 Jul 09;10:85 [FREE Full text] [doi: 10.1186/1479-5876-10-85] [Medline: 22554099]

BRAF in melanoma: ESMO biomarker factsheet. OncologyPRO. URL: https.//oncologypro.esmo.org/education-library/
factsheets-on-biomarkers/braf-in-melanoma [accessed 2021-05-31]

US Food and Drug Administration. FDA grants regular approval to dabrafenib and trametinib combination for metastatic
NSCL C with BRAF V600E mutation. 2017 Jun 22. URL : http://wayback.archive-it.org/7993/20170111231615/http://www.
fda.gov/Drugs/InformationOnDrugs/A pprovedDrugs/ucm476837.html [accessed 2019-12-31]

Dabrafenib with trametinib for adjuvant treatment of resected BRAF V600 mutation-positive melanoma. NICE. 2018.
URL: https://www.nice.org.uk/guidance/ TA 544/chapter/1-Recommendations [accessed 2021-05-31]

Cutaneous melanoma: ESMO clinical practice guidelines. European Society for Medical Oncology. 2019. URL: https:/
/www.esmo.org/Guidelines/M el anoma/Cutaneous-M elanoma [accessed 2019-10-15]

Patient-focused drug development: collecting comprehensive and representative input. US Food and Drug Administration.
2018. URL: https.//www.fda.gov/downl oads/drugs/guidancecomplianceregul atoryinformati on/gui dances/ucm610442. pdf
[accessed 2019-12-31]

Sinha A, Porter T, Wilson A. The use of online health forums by patients with chronic cough: qualitative study. J Med
Internet Res 2018 Jan 24;20(1):e19 [FREE Full text] [doi: 10.2196/jmir.7975] [Medline: 29367181]

Kaf RR, Makady A, Ten Ham RM, Meijboom K, Goettsch WG, IMI-GetReal Workpackage 1. Use of social mediain the
assessment of relative effectiveness: explorative review with examples from oncology. IMIR Cancer 2018 Jun 08;4(1):e11
[FREE Full text] [doi: 10.2196/cancer.7952] [Medline: 29884607]

Apache cTAKES. 2020. URL: http://ctakes.apache.org/ [accessed 2020-12-31]

Glaser BG, Strauss AL, Strutzel E. The discovery of grounded theory; strategies for qualitative research. Nurs Res
1968;17(4):364. [doi: 10.1097/00006199-196807000-00014]

Charmaz K, Belgrave LL. Grounded theory. In: The Blackwell Encyclopedia of Sociology. Hoboken, NJ: John Wiley &
Sons; 2007.

Research involving social media data. The University of Sheffield. 2016. URL : https.//www.sheffield.ac.uk/polopoly_fs/
1.670954! /file/Research-Ethics-Policy-Note-14.pdf [accessed 2020-12-31]

Pembrolizumab (Keytruda). Cancer Research UK. 2019. URL : https.//www.cancerresearchuk.org/about-cancer/
cancer-in-general/treatment/cancer-drugs/drugs/pembrolizumab [accessed 2022-03-18]

Side effects. KEY TRUDA. 2020. URL: https.//www.keytruda.com/side-effects/

#.~text=Common%20si de%20eff ects¥200f%20K EY TRUDA ,shortness%200f %20breath%2C%20and%20consti pation
[accessed 2020-12-31]

Nivolumab (Opdivo). Cancer Research UK. URL: https://www.cancerresearchuk.org/about-cancer/cancer-in-general/
treatment/cancer-drugs/drugs/nivolumab [accessed 2021-05-31]

I pilimumab and nivolumab. Cancer Research UK. URL: https://www.cancerresearchuk.org/about-cancer/cancer-in-general/
treatment/cancer-drugs/drugs/ipilimumab-nivolumab [accessed 2021-05-31]

An oral treatment combination for adults with unresectable or metastatic melanoma with a BRAF V600E/K mutation.
BRAFTOVI® (encorafenib) + MEKTOVI® (binimetinib). 2020. URL : https://braftovimektovi.pfizerpro.com/
adverse-reactions [accessed 2022-03-23]

MEKTOVI® (binimetinib) tablets, for oral use. Pfizer. 2020. URL: http://labeling.pfizer.com/Showl abeling.

agxAd=12988#.~text=The%620most%20common?620(¥E29689%6A 5%62025,%62C%620vomiting%e2C%20and¥620ebdomina %620pain
[accessed 2022-03-18]

Abbreviations

CcTAKES: Clinical Text Analysis Knowledge Extraction System

https://cancer.jmir.org/2022/2/e34073 JMIR Cancer 2022 | vol. 8| iss. 2 [€34073 | p.262

RenderX

(page number not for citation purposes)


http://europepmc.org/abstract/MED/22356324
http://dx.doi.org/10.1056/NEJMoa1112302
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=22356324&dopt=Abstract
https://journals.sagepub.com/doi/10.1177/1758834012463260?url_ver=Z39.88-2003&rfr_id=ori:rid:crossref.org&rfr_dat=cr_pub%3dpubmed
http://dx.doi.org/10.1177/1758834012463260
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=23323148&dopt=Abstract
http://dx.doi.org/10.1016/j.ctrv.2017.01.006
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=28189914&dopt=Abstract
http://dx.doi.org/10.1016/j.jval.2017.08.090
http://dx.doi.org/10.1016/j.ejca.2015.09.013
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=26707829&dopt=Abstract
https://translational-medicine.biomedcentral.com/articles/10.1186/1479-5876-10-85
http://dx.doi.org/10.1186/1479-5876-10-85
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=22554099&dopt=Abstract
https://oncologypro.esmo.org/education-library/factsheets-on-biomarkers/braf-in-melanoma
https://oncologypro.esmo.org/education-library/factsheets-on-biomarkers/braf-in-melanoma
http://wayback.archive-it.org/7993/20170111231615/http://www.fda.gov/Drugs/InformationOnDrugs/ApprovedDrugs/ucm476837.html
http://wayback.archive-it.org/7993/20170111231615/http://www.fda.gov/Drugs/InformationOnDrugs/ApprovedDrugs/ucm476837.html
https://www.nice.org.uk/guidance/TA544/chapter/1-Recommendations
https://www.esmo.org/Guidelines/Melanoma/Cutaneous-Melanoma
https://www.esmo.org/Guidelines/Melanoma/Cutaneous-Melanoma
https://www.fda.gov/downloads/drugs/guidancecomplianceregulatoryinformation/guidances/ucm610442.pdf
https://www.jmir.org/2018/1/e19/
http://dx.doi.org/10.2196/jmir.7975
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=29367181&dopt=Abstract
https://cancer.jmir.org/2018/1/e11/
http://dx.doi.org/10.2196/cancer.7952
http://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=29884607&dopt=Abstract
http://ctakes.apache.org/
http://dx.doi.org/10.1097/00006199-196807000-00014
https://www.sheffield.ac.uk/polopoly_fs/1.670954!/file/Research-Ethics-Policy-Note-14.pdf
https://www.sheffield.ac.uk/polopoly_fs/1.670954!/file/Research-Ethics-Policy-Note-14.pdf
https://www.cancerresearchuk.org/about-cancer/cancer-in-general/treatment/cancer-drugs/drugs/pembrolizumab
https://www.cancerresearchuk.org/about-cancer/cancer-in-general/treatment/cancer-drugs/drugs/pembrolizumab
https://www.keytruda.com/side-effects/#:~:text=Common%20side%20effects%20of%20KEYTRUDA,shortness%20of%20breath%2C%20and%20constipation
https://www.keytruda.com/side-effects/#:~:text=Common%20side%20effects%20of%20KEYTRUDA,shortness%20of%20breath%2C%20and%20constipation
https://www.cancerresearchuk.org/about-cancer/cancer-in-general/treatment/cancer-drugs/drugs/nivolumab
https://www.cancerresearchuk.org/about-cancer/cancer-in-general/treatment/cancer-drugs/drugs/nivolumab
https://www.cancerresearchuk.org/about-cancer/cancer-in-general/treatment/cancer-drugs/drugs/ipilimumab-nivolumab
https://www.cancerresearchuk.org/about-cancer/cancer-in-general/treatment/cancer-drugs/drugs/ipilimumab-nivolumab
https://braftovimektovi.pfizerpro.com/adverse-reactions
https://braftovimektovi.pfizerpro.com/adverse-reactions
http://labeling.pfizer.com/ShowLabeling.aspx?id=12988#:~:text=The%20most%20common%20(%E2%89%A5%2025,%2C%20vomiting%2C%20and%20abdominal%20pain
http://labeling.pfizer.com/ShowLabeling.aspx?id=12988#:~:text=The%20most%20common%20(%E2%89%A5%2025,%2C%20vomiting%2C%20and%20abdominal%20pain
http://www.w3.org/Style/XSL
http://www.renderx.com/

JMIR CANCER Faust et &

FDA: Food and Drug Administration
ML: machine learning

NL P: natural language processing
QDA: qudlitative data analysis

TT: targeted therapy
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Abstract

Background: Cutaneous melanoma is an aggressive malignancy that is proposed to account for 90% of skin cancer—related
mortality. Individuals with melanoma experience both physical and psychological impacts associated with their diagnosis and
treatment. Health-related information is being increasingly accessed and shared by stakeholders on social media platforms.

Objective: This study aimed to assess how individuals living with melanoma across 14 European countries use social media
to discuss their needs and provide their perceptions of the disease.

Methods: Social mediasourcesincluding Twitter, forums, and blogs were searched using predefined search strings of keywords
relating to melanoma. Manual and automated relevancy approaches filtered the extracted data for content that provided
patient-centric insights. This contextualized datawas then mined for insightful concepts around the symptoms, diagnosis, treatment,
impacts, and lived experiences of melanoma.

Results. A total of 182,400 posts related to melanomawere identified between November 2018 and November 2020. Following
exclusion of irrelevant posts and using random sampling methodol ogy, 864 posts wereidentified asrelevant to the study objectives.
Of the socia mediachannelsincluded, Twitter wasthe most commonly used, followed by forums and blogs. Most posts originated
from the United Kingdom (n=328, 38%) and Spain (n=138, 16%). Of the relevant posts, 62% (n=536) were categorized as
originating from individuals with melanoma. The most frequently discussed melanoma-related topics were treatment (436/792,
55%), diagnosis and tests (261/792, 33%), and remission (190/792, 24%). The magjority of treatment discussions were about
surgery (292/436, 67%), followed by immunotherapy (52/436, 12%). In total, 255 posts discussed the impacts of melanoma,
which included emotional burden (n=179, 70%), physical impacts (=61, 24%), effects on social life (n=43, 17%), and financial
impacts (n=10, 4%).
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Conclusions: Findingsfrom this study highlight how melanoma stakeholders discuss key concepts associated with the condition
on social media, adding to the conceptual model of the patient journey. This social media listening approach is a powerful tool
for exploring melanoma stakeholder perspectives, providing insights that can be used to corroborate existing data and inform

future studies.

(JMIR Cancer 2022;8(2):e35930) doi:10.2196/35930
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melanoma; social media; social medialistening; real-world evidence; patient journey; cancer; mortality rate; health information

Introduction

Melanoma is a poorly differentiated, malignant tumor arising
from melanin-producing cells (melanocytes) primarily in the
skin[1], withincidenceincreasing in thelast 50 yearsworldwide
[2]. It is an aggressive malignancy with an average 5-year
survival rate of 27% once spread to distant sites[3]. According
to the latest epidemiological investigations, the worldwide
mortality rate of melanoma (standardized for both sexes and
ages) is 0.73/100,000 [4], and it is the main cause of skin
cancer—elated mortality, causing up to 90% of deaths related
to cutaneous malignancies [1].

Wide local excision plus sentinel lymph node dissection is the
standard treatment for early-stage melanoma, while patients
with regional or distant metastases present acontinuing clinical
challenge. With the introduction of targeted systemic therapies
inhibiting kinases of the mitogen-activated protein kinase
signaling pathway (specifically BRAF and MEK), as well as
immune checkpoint inhibitors, long-lasting or complete
remission can be achieved when treating melanoma. These
treatments can stabilize the disease, reduce its burden, increase
survival, and improve the quality of life (QoL) of patients with
melanoma [5]. However, melanoma remains a major public
health burden in Europe due to its increasing incidence, high
mortality, impact on QoL, and the complexity of care for
advanced stages, and it is estimated to cost >20,000 lives every
year [6].

Melanoma has marked QoL implicationsfor patients, including
emotional, physical, aesthetic, and functional concerns, which
arerelated to high levels of distress and behavioral alterations
[7]. Furthermore, melanoma-related anxiety and depression
have been noted among patients with high-risk primary tumors
[8]. Surgery also impacts patients with melanoma both
physically and emotionally [9]. These findings show that a
melanoma diagnosis affects patients both physicaly and
psychologically.

Social media provides large-scale qualitative data across
countries[10]. Around 59% of European citizensusetheinternet
to access hedth information, with 47%-48% using
disease-specific websites (blogs and forums) and 16%-23% on
social networks [11]. Social media is increasingly being used
to investigate stakeholder experience in a range of health
conditions, including cancer [12-15]. Social media listening
(SML) may generate conceptsthat are morerelevant to the lived
experience of disease, compared with insights elucidated from
interviews and focus groups [16]. After receiving a diagnosis,
people often use social media platforms to share experiences

https://cancer.jmir.org/2022/2/€35930

and seek answers to health-related questions. Data generated
on these platforms provide key stakeholder perceptions not
typically sharedin other real-world data (RWD) sources, clinical
databases (such asregistries and el ectronic health records), and
the published literature [13]. Furthermore, insights from
stakeholders other than patients (such as caregivers and family
members) are also made available through SML. Therefore,
SML can provide health care practitioners (HCPs) with insights
into how patients and other stakeholders feel about a particular
disease and the associated treatment needs [15,17,18]. It can
also provide aplatformfor socia influence, disease surveillance,
risk assessment, and prevention [19].

The am of this study was to explore how melanoma
stakeholders, including patients, caregivers, and HCPs, describe
their experiences on social media. Specifically, this study
explored the needs and perceptions of melanoma stakeholders
using SML analysisto generate insights from across European
countries, interms of trestmentsreceived, predictors of outcome,
treatment effectiveness/safety, and burden of illness. The
findings provide qualitative insights into the lived experience
of melanoma.

Methods

Search Strategy

Thisstudy isaretrospective analysisof publicly available socia
mediadata, including blogs, forums, and social mediaplatforms.
Social media posts were collated between November 1, 2018,
and November 30, 2020, from Austria, Belgium, France,
Germany, Italy, Netherlands, Portugal, Spain, Switzerland, the
Nordic countries (Denmark, Finland, Norway, Sweden), and
the United Kingdom in 11 languages (Danish, Dutch, English,
Finnish, French, German, Italian, Norwegian, Portuguese,
Spanish, and Swedish). Search strings in each language were
devel oped to identify conversations relevant to melanoma, using
Boolean operators (AND, OR) to combine keywords
(Multimedia Appendix 1).

Data Collection

The Talkwalker Social Analytics database [20] was used to
conduct searches across countries. Using the predefined search
terms (Multimedia Appendix 1), social media posts were
identified from in-scope geographies, and relevant posts were
downloaded. The identified posts were sourced from blogs,
forums, Twitter, public Facebook, and YouTube. Relevant
forums and blog posts were identified using local online
community websites and discussion boards (including
Healthunlocked, Mumsnet, Medicitalia, 9lives, and
Frauensel bsthilfe; Multimedia Appendix 2).
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Ethical Consider ations

Even though social media posts are in the public domain, SML
studies raise unique ethical challenges, as individuals do not
formally consent to the use of their data in the research.
Currently, there is little guidance on the lack of consent or
anonymity of participants in social media research. However,
recommendationsinclude ensuring that the data collected answer
specific research questions and presenting data in a way that
avoids participant identification [21]. Appropriate steps were
taken in this study to follow these recommendations. To
anonymize publicly reported posts, information that could
identify individual patient or caregivers (such as usernames)
was removed before analysis.

Data Analysis

The raw data set was further contextualized by excluding
conversationsirrelevant to the study. Thiswas done by both an
automated relevancy approach (containing keyword-based
relevancy algorithms) and a manual review against predefined
criteria(Multimedia Appendix 3). Thisrelevancy check ensured
conversations provided relevant insights to the patient journey
stage and other patient-centric topics.

Aniterative random sampling technique was employed to reduce
the number of posts as per the agreed proportions of socia
mediarecords by country (and their respective channels), based
on the amount of data available in each country. For countries
with high datavolume, sampling reduced the number of relevant
posts from stakehol ders to ensure that a manageable amount of
data were obtained for manual review. For countries with low
volume, datawere taken without sampling. Relevant postswere
tagged by channel type and, where possible, categorized by
stakeholder (patients, caregivers, family and friends, HCPs, and
others, as based on the language used in the post; eg, “I have
melanoma’ and “1 have been diagnosed with this condition™),
gender (taking into account profile pictures and content using
gender labels such as “daughter,” “father,” “he’/"she” and
“lady,” for example), and age group (specific mention of age
in the post). A deep dive into the filtered data set was then
conducted to investigate research domainslisted in theinclusion
criteria (Multimedia Appendix 3). The benefit of an automated
methodology is that it allows large amounts of data to be
analyzed quickly and efficiently to dismiss irrelevant posts.
Using this approach does, however, pose the risk that some
relevant posts may have been missed, as the nuances of human
expression may not have been captured in some/all cases. The

Figure 1. Datavolume trend.

e

Chauhan et d

sentiments toward a given treatment were also judged based on
the language used to describe the experiences.

Results

Overview of Social M edia Posts

A total of 182,400 social media posts were extracted in the
initial search using the predefined keyword strings (Multimedia
Appendix 1), with 2547 postsidentified as relevant to the study
objectives (Multimedia Appendix 4). The random sampling
methodology selected 864 relevant posts for further analysis
(Multimedia Appendix 4).

Twitter emerged as the most commonly used social media
channel (n=129,504, 71% contribution to posts), compared with
blogs (n=31,008, 17%), forums (n=20,064, 11%), and other
platforms (n=1,824, 1%). Most of the posts originated from the
United Kingdom (n=69,321, 38%), followed by Spain
(n=29,184, 16%), Italy (n=23,712, 13%), France (n=20,064,
11%), and Germany (n=20,064, 11%).

A peak in social media discussion was observed in the spring
months of May 2019 (12,140 conversations) and June 2020
(8557 conversations; Figure 1). Fewer posts originated from
Nordic countries (n=7296, 4%) and the Netherlands (n=5472,
3%), while posts from Belgium, Switzerland, Portugal, and
Austria, each contributed 1% (n=1824) of thetotal posts (Table
1). Of the 864 analyzed posts (Multimedia Appendix 4), 536
(62%) were categorized as coming from individuals who had
melanoma, while 190 (22%) originated from caregivers, 104
(12%) from friends and family, 17 (2%) from HCPs, and a
further 17 (2%) from other individuals.

Malignant and metastatic disease accounted for 77% (181/235)
of the melanoma types mentioned (Multimedia Appendix 5).
Advanced stage melanoma (which included the terms “stage
IV,” “late stage,” and “metastatic stage” disease), was the most
frequently discussed disease stage (154/245, 63%; Multimedia
Appendix 5). Conversations were dlightly more female-led
(422/768, 55%), which was consistent for most countries, except
in Nordic countries, where male-led conversations were more
common (34/49, 69%), and Spain, where the gender split was
50% (72/145; Multimedia Appendix 5). More males in
Switzerland also contributed to conversations, but the overall
social mediapopulation sizewhere gender could be determined
was small (n=17). Most individuals (53%) were aged between
31 and 50 years (Multimedia Appendix 5).

8557

7270 7390
27

66367 294

Conversations

—e— Qverall Volume Trend
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Table 1. Country of origin of social media posts and percentage usage per social media platform.

Country Percentage of posts, n (%)
United Kingdom 69,321 (38)
Twitter 61,696 (89)
Blogs 4852 (7)
Forums 2080 (3)
Spain 29,184 (16)
Twitter 26,557 (91)
Blogs 2334 (8)
Forums 0
Italy 23,712 (13)
Twitter 11,145 (47)
Blogs 9959 (42)
Forums 2134 (9)
France 20,064 (11)
Twitter 13,644 (68)
Blogs 4815 (24)
Forums 1404 (7)
Germany 20,064 (11)
Twitter 11,236 (56)
Blogs 5217 (26)
Forums 3612 (18)
Nordic countries? 7296 (4)
Twitter 4961 (68)
Blogs 1678 (23)
Forums 730 (10)
Netherlands 5472 (3)
Twitter 3119 (57)
Blogs 1313 (24)
Forums 1040 (19)
Belgium 1824 (1)
Twitter 1496 (82)
Blogs 328 (18)
Forums 0
Switzerland 1824 (1)
Twitter 1532 (84)
Blogs 237 (13)
Forums 55(3)
Portugal 1824 (1)
Twitter 1094 (60)
Blogs 693 (38)
Forums 0
Austria 1824 (1)
Twitter 967 (53)
https.//cancer.jmir.org/2022/2/635930 JIMIR Cancer 2022 | vol. 8 | iss. 2 [€35930 | p.267
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Country Percentage of posts, n (%)
Blogs 438 (24)
Forums 401 (22)

@Denmark, Finland, Norway, Sweden.

The Patient Journey in Melanoma

This study provided key insights into the patient journeys of
those living with melanoma. Treatment (436/792, 55%),
diagnosis and tests (261/792, 33%), and remission (190/792,
24%) were the most frequently discussed melanoma-related
topics (Figure 2). Discussionsaround the causation of melanoma
contributed to 14% (111/792) of patient journey-related posts
(Figure 2), where excessive sun or UV light exposure constituted
themajority of discussions (n=95, 87%). Other causes discussed
included genetics, such as having fair skin or a family history
of melanoma (n=12, 11%) and having many/unusua moles
(n=9, 8%).

Only 2% (16/792) of postsreferred to postdiagnosis symptoms,
with afurther 10% (79/792) discussing prediagnosis symptoms
(Figure 2). New pigmented growths on the skin (n=30, 38%),
suspicious-looking moles (n=20, 25%), and darkening of the
skin (n=8, 10%) were the most frequently mentioned
prediagnostic symptoms (n=79). The most frequently mentioned
postdiagnostic symptoms (n=14) were pain (n=5, 36%) and
hardened nodules under the skin (n=3, 21%). Most discussions
on diagnosisand testswere around confirmed diagnosis (92/255,
36%; Multimedia Appendix 6). Biopsy (46/255, 18%) was the
most commonly mentioned confirmatory diagnostic test
(Multimedia Appendix 6). Only 1% (n=10) of posts mentioned
mutations (most commonly BRAF, MEK, and CDKN2A). A
number of posts (n=170) discussed disease management and

Figure 2. Percentage of posts for each stage in the patient journey.

highlighted regular skin checks (n=59, 35%), avoiding the sun
(n=46, 27%), and applying sunscreen (n=36, 21%).
Conversations also mentioned avoiding sunbeds (n=22, 13%),
which mostly originated from the United Kingdom (19/22 posts).

Multimedia Appendix 7A provides an overview of the
melanoma treatments reported in the social media posts
analyzed. The most frequently reported treatment was surgery
(293/437, 67%), followed by immunotherapy (52/437, 12%),
radiotherapy (22/437, 5%), and targeted therapy (17/437, 4%).
Treatment sequence (139/295, 47%) and efficacy (133/295,
45%) were the most commonly discussed topics regarding
melanoma treatment features (Multimedia Appendix 8).
Treatment posts were dominated by first-line (1L) discussions
(n=131), which were mostly about surgery (n=94, 72%,;
Multimedia Appendix 7). Few negative sentiments were
associated with posts discussing surgery (n=9, 3%), which was
the lowest among all treatments mentioned (Multimedia
Appendix 7B). Although treatment-related discussions
mentioning chemotherapy were low (n=13, 3%; Multimedia
Appendix 7A), this was the treatment type with the highest
associated negative sentiment (n=6, 45%; Multimedia A ppendix
7B). In posts that discussed disease end points (n=226),
remission/cure (referred to as“ being al clear” or “finished with
years of check-ups’) was the main clinical end point discussed
by stakeholders (n=169, 75%), with prolonged survival (n=34,
15%) and morbidity/mortality (n=18, 8%) asthe other two most
frequently mentioned end points.

Management

Causes

Excessive exposure o the sun or
UV light, and history of sunbum
were the most common causes
across countries. Other causes
discussed were fair skin, history with
melanoma in the family and having
many moles or unusual moles.

C—

l Prediagnosis

Symptoms

Diagnosis & Tests
Patients generally didn’t
share many details of the
diagnosis beyond the
various scanning tests
performed.

&)

T
()

Treatment
Surgery was the most
mentioned treatment

Abnormal of suspicious
" aption, followed by

locking moles, new
pigmented or growth on the
skin, itchiness or changes
in sensation.

immunotherapy/biclogics.

Patients and caregivers
emphasized the importance
of having regular check-ups.
Patients tried to avoid
exposure to the sun or

UV light by wearing
sunscreen or protective
clothing. Avoiding tanning
beds was also suggested.

Recurrence

Discussion volume on
recurrence was low. Some
Patients mentioned facing
multiple recurrences. Patients
in remission feared recumence.

o2
()
\.,I,

©

Y
Remission
Many patients who had
their melanoma removed

at an early stage through
surgery were in remission

)
(_/
Death

Caregivers, friends and
family expressed their grief
over the loss of a loved one.

.
®

They shared their experiences
and comforted peers.

n=792
J

Symptoms
Few discussions around symptoms. Pain, lumps,
and itchy skin were the main symptoms discussed.

Impacts of Melanoma

A total of 255 postsreferred to the impacts that melanoma had
on individuals QoL. The social media population discussed
emotional (n=178, 70%), physical (n=61, 24%), socia (n=43,
17%), and financial (n=11, 4%) impacts. Frequently mentioned
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emotional impacts in conversations (Table 2) were negative
thoughts, including feeling low/upset/sad (n=59, 33%) and being
affected emotionally (n=44, 25%), anxiety (n=30, 17%), distress
(n=25, 14%), and fear (n=23, 13%). Melanoma stakeholders
also reported being affected physically (n=21, 34%), having
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social behavioral changes/affected social life (n=18, 42%), and
facing treatment expenses (n=6, 55%). Table 2 outlinesthetype

Table 2. Impacts of melanoma (N=225) reported on social media.

Chauhan et d

of impacts of melanoma reported on social media.

Type of impact n (%)
Emotional impact (n=173)
Feeling low/upset/sad 59 (33)
Affected emotionally (in general) 45 (25)
Anxiety 30 (17)
Distress 25(14)
Fear 23(13)
Negative feelings 12 (7)
Conscious about looks 7(4)
Confused 5(3)
Changein outlook on life 5(@3)
Depression 4(2)
Physical impact (n=61)
Affected physically (in general) 21(34)
Issues due to pain 11 (18)
Movement issues 8(13)
Feeling weak/tired/exhausted 8(13)
Scar 7(11)
Struggling with side effects of medications 6 (10)
High risk for COVID-19 infection 5(8)
Cannot wear revealing clothes 3(5)
No comfort 2(3)
Insomnia 2(3)
Cannot manage household work 1(2
Unableto do daily activities 1(2
Social impact (n=43)
Social behavioral changes 18 (42)
Affected social life 18 (42)
Affected work 4(9)
Affected school 2(5)
Avoided by others/lost social media followers 1(2
Affected family life 1(2)
Financial impact (n=11)
Finding treatment expensive 6 (55)
Looking for financial support for treatment 4(36)
Struggling with insurance coverage 109

A lack of availableor effective treatments (30/121, 25%), access
to good HCPs/treatments (30/121, 25%), and saf e accessto care
during the COVID-19 pandemic (25/121, 21%) emerged as key
unmet needs of melanoma stakeholders (M ultimedia A ppendix
9). Concerns were expressed around the impact of COVID-19
on patients with melanoma, including changes to medical

https://cancer.jmir.org/2022/2/€35930
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appointments, safe access to treatment, and self-isolation. In
total, 5% (n=295) of posts on treatment features mentioned
treatments being cancelled/postponed/rescheduled, with this
being attributed to the pandemic in many countries, and 21%
(n=121) of posts discussing unmet needs mentioned problems
with safe access to treatment during the COVID-19 pandemic.
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Thiswas a key unmet need in Belgium, France, Spain, and the
United Kingdom.

Discussion

Principal Findings

Thisstudy identified key conceptsrelevant to individualsliving
with melanoma, providing qualitative insights into how the
patient journey is discussed online by multiple stakeholders
across Europe. A peak in social mediadiscussion was observed
on May 13, 2019, which was World Melanoma Day.
Interestingly, a peak in posts about melanoma was observed in
the early summer of both 2019 and 2020, which may coincide
with the promotion of prevention resources ahead of the summer
months in the northern hemisphere (such as May being
Melanoma and Skin Cancer Awareness Month). European
countrieswith larger population sizes (United Kingdom, Spain,
Italy, France, and Germany) contributed to the majority of posts
included in the study (89% intotal), compared to countrieswith
smaller population sizes (Austria, Belgium, Netherlands,
Portugal, Switzerland and the Nordic countries, which
contributed to 11% of the total posts).

Key topics highlighted in this study included melanoma
treatment and diagnosis, as well as patient QoL. This
complements areview of the specific communication needs of
cancer patients (including melanoma) from semistructured
interviews, focus groups, and questionnaire surveys, which
revealed that the main discussion needs were disease-related
information and psychological support [22]. Treatment
sequencing, in terms of how patients were treated in 1L and
later lines of therapy, was the most common treatment feature
discussed. A therapy changeis often initiated when atreatment
fails, is not well-tolerated, or following disease relapse,
suggesting that these are experiences that melanoma
stakeholders are eager to discuss. Surgery was the most
frequently mentioned treatment (particularly in 1L) and had the
highest number of positive mentions, which was possibly
attributable to its curative effects. Chemotherapy was often
associated with negative sentiments, perhaps due to its side
effects or noncurative nature. It potentially appears that
positivity was driven by the effectiveness of the treatment, while
negativity was due to patients experiencing side effects or low
efficacy. Among the other treatments mentioned,
immunotherapy, radiotherapy, and targeted therapy were aso
discussed on socia media, which is not surprising given the
prevalence of their use in the melanoma treatment landscape
[23]. Across all treatment types, stakeholders rarely attached a
sentiment while discussing specific treatment types, brands, or
molecules. Tumor biopsy was the most frequently mentioned
diagnostic test for melanoma. Discussionsaround 1L treatments
and diagnosis may be indicative of patients, caregivers, and
family members searching for information about melanoma
online following an initial diagnosis. This highlights the
important role of HCPsin providing detailed information about
melanoma early in the treatment journey. Melanoma
stakehol ders al so discussed impacts of the condition; emotional
impacts were frequently mentioned, with many expressing
negative thoughts.

https://cancer.jmir.org/2022/2/€35930
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Thereis currently limited qualitative research on melanomain
the social media population. Studies using patient narratives
obtained from cancer support organization websites and
web-based forums have highlighted the psychosocial and
emotional impact following a melanoma diagnosis [24-26],
consistent with the findings from this SML study. Similarly,
proactive management of the condition and treatment by patients
with melanoma have also been reported online [24]. Many of
thetopicsidentified by SML were consistent with those reported
in other qualitative studies, in particular interviews of melanoma
stakeholders [27-30]. These topics include the symptoms
discussed, which, not surprisingly, are dominated by skin
changes [27] and patients engaging in activities to prevent
recurrence, including sun avoidance/protection [28,29]. Negative
emotional impact, anxiety, distress, and fear were identified as
the major impacts of living with melanoma. This is consistent
with other qualitative studies, highlighting the emotional impact
of the treatment journey for patients with melanoma
[24,25,27,28,31,32]. Systematic reviews of qualitative and
guantitative studies demonstrate that major unmet psychological
needs are reflective of the emotional impact of melanoma on
patients [32]. Taken together, the high level of emotional
impacts identified from this SML analysis and other studies
emphasizes the acute need for emotional support for patients
with melanoma. This is an important finding given the
consequences that negative emotional impacts, such as
depression, can have on increasing cancer mortality [33]. It is
also noteworthy that in addition to the psychological and
emotional impacts commonly associated with melanoma and
its treatment journey, this study highlights important unmet
needs for patients with melanoma that might have been
specifically affected by delayed cancer diagnosis and
management due to the COVID-19 pandemic, a concern also
shared by HCPs [30]. In fact, aimost a quarter of posts,
especialy in Belgium, France, Spain, and the United Kingdom,
were concerned with safe access to treatment during the
COVID-19 pandemic. It is aso probable that the pandemic
might have caused heightened levels of anxiety and an overall
negative emotional impact for patientswith melanomaand their
caregivers. The findings from this study contribute to the
conceptual model of the melanoma patient journey and treatment
landscape and provide knowledge on how stakeholders discuss
key concepts associated with the condition. SML data provide
unfiltered and uninfluenced insights [13], which can help
enhance HCP-patient communication. Most SML discussions
were around melanoma management and treatment rather than
the early stages of disease prevention, symptom identification,
and diagnosis. This might be due to the fact that a relatively
large proportion (181/235, 77%) of discussions were around
malignant and metastatic disease where treatment and
management might be the highest priority. On the other hand,
patients who were in remission or who had removed their
melanomas successfully through surgery at an early disease
stage were more likely to engage in discussions around
melanoma awareness, for example, by promoting regular checks,
banning tanning beds, and reducing sun exposure.
Communication issues between patients with melanoma and
their treating clinicians, particularly around informational needs
at diagnosis, have been identified before in a United
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Kingdom-based study [34]. SML identified diagnosis as a
popular discussion topic among melanoma stakeholders,
suggesting that patients may have enhanced informational needs
at diagnosis. Aside from helping to improve HCP-patient
communication priorities, SML studies can aso inform the
modification of patient-reported outcome (PRO) measures to
help evaluate the QoL of patients living with melanoma. This
can, in turn, inform adequate measurement of QolL-related
parametersin clinical trials and other research studies.

Limitations

The socia media population may not be representative of the
whole community affected by melanoma. In this study, most
participants were between 31 and 50 years of age, and while
melanomadi sproportionately affects younger people compared
with other solid tumors[35], this demographic may bereflective
of older people being frequently underrepresented on social
media. The SML analysis comprised of a mixed population in
terms of disease stage; therefore, it is challenging to identify
the different needs of patientswith |ate-stage versus early-stage
melanoma due to the lack of patient-level data. Furthermore,
the data set does not distinguish between treatments used in
different melanoma settings (such as adjuvant or metastatic),
and thismay impact theinterpretation of treatment discussions,
including certain treatment features and treatment sequence.
While there is an inherent methodological constraint of not
having standardized measures to assess the severity of QoL
concerns, SML provides a valuable source of information to
identify relevant health-related QoL aspects, which could be
cross-referenced with current QoL tools and questionnaires to
potentially improve the validity of PRO measures [26].
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All datawere retrospectively collected from social media posts
in the public domain. As a result, demographic and clinical
information of the social media population could not always be
obtained or confirmed. For example, it was not possible to
substantiate that all individuals were posting on a confirmed
melanoma diagnosis. Therefore, it must be acknowledged that
some data may be incorrectly categorized. For example,
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relationshipsisnot necessarily areliable method to infer amale
or female identity. Although the accuracy of correct gender
assignment has been noted to be as high as >90% in some
studies, other traits including age can be more challenging to
predict [36].

Conclusions

Melanoma has a significant impact on people's daily lives;
stakeholders affected by melanoma experience significant
emotional impacts that affect their QoL. In particular, 1L
melanoma treatments were frequently discussed online,
especialy surgery, which was often associated with positive
sentiments. Despite the aforementioned limitations, the findings
from this study were consistent with published evidence,
supporting insights captured by other RWD studies. This
suggests that SML approaches can identify topics that provide
person-focused, real-world insights into the lived experiences
of melanoma that are not typicaly available in the published
literature and that can be used to corroborate existing data and
inform future studies. To monitor what melanoma stakeholders
are most concerned about, it is advisable to repeatedly conduct
online analysis such as the onein this study. At the sametime,
efforts should be made to increase the visibility of reliable data
sources (such aslinksto treatment guidelines) on social media.
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Abstract

Background: Electronic patient-reported outcomes' real time communication of treatment-related symptoms is increasingly
associated with better outcomesincluding longer survival and less health care resource use, but the primary method of collecting
thisinformation, static questionnaires, has not evolved.

Objective: Theaim of this paper isto describe the use of Noona s three methods of communicating treatment-rel ated symptoms,
which are as follows: (1) Noona symptom questionnaires (NSQ), which incorporate branching logic; (2) adiary; and (3) secure
messaging, the last two of which have NSQ reporting functionality. It also aimsto explore, using multivariable analyses, whether
patients find value using these features.

Methods: Noona users (N=1081) who have an active account for more than 30 days, who responded to the satisfaction/loyalty
item, and who were undergoing active cancer treatment (systemic or radiotherapy) in the United States were included in this
study. All study datawere collected via software embedded within Noona code. Thisincludes metadata, patient activities (measured
in clicks), and responsesto a satisfaction/loyalty question (“How likely are you to recommend Noonato another patient”) displayed
on the Noona home page.

Results: Noona users expressed a high degree of satisfaction/loyalty when asked to rate how likely they would recommend
Noona to another patient. Multivariable analyses indicate small but significant effects for some of the analyses. Use of NSQs
were significantly related to satisfaction/loyalty, users of NSQs had significantly higher satisfaction/loyalty than those who did
not use any, and secure communication use was significantly higher for those who rated the app highly compared to those who
did not. These relationships will likely be further explicated with the use of satisfaction/loyalty questions that focus specifically
on feature use.

Conclusions: Noonaiswell liked by respondents, and exploratory multivariable analyses demonstrate the potential for using
passively and minimally invasive data to demonstrate value.

(JMIR Cancer 2022;8(2):€29292) doi:10.2196/29292

KEYWORDS
electronic patient-reported outcomes; ePRO; cancer; symptoms; health-related quality of life

: capabilities and features. This has enabled rea time
Introduction patient-clinical care team communication of treatment-related
For over 30 years, the systematic collection of patients Symptoms. However, software interfaces have been described
experiences via electronic administration of static measures @ Tudimentary” [2], and the primary method of collecting
have been used to facilitate cancer treatment planning [1]. The Patient-reported data has been relatively static, which may
current generation of devices are powerful, portable, internet IMPede patient engagement and long-term use.

accessible, and increasingly loaded with sophisticated
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Generally, research testing the electronic patient-reported
outcomes (ePROs) impact can be divided into three groups. The
first, randomized controlled trials, have consistently
demonstrated the benefits of using this software. Basch et al [3]
found those who used a web-based application and rated their
treatment experiences using a 12-item questionnaire
incorporating Common Terminology Criteriafor Adverse Events
(CTCAE) items remained on chemotherapy longer, reported
significantly slower declines in health-related quality of life,
used emergency department services less, and survived longer
than those who used standard care. Two other studies have
combined patient-reported treatment information with algorithms
to improve functionality and better optimize clinical care. The
first, atrial focusing on patients with lung cancer, found those
in the treatment arm, which involved patients reporting
symptoms via a weekly questionnaire, informed the computed
tomography scan schedule. As a result, they lived longer and
required fewer imaging tests compared to those receiving
standard care (reporting symptoms to the family doctor or
oncologist and attending regularly scheduled imaging
appointments) [4]. The second study found that those who use
an app that combines online symptom self-reporting with a
clinical algorithm to generate automated advice to facilitate
symptom self-management reported less decrement in physical
well-being at 12 weeks and improved health-related quality of
lifein study participants at 18 weeks compared to standard care

(5].

Real-world studies have demonstrated that an ePRO can
facilitate reporting of common treatment symptoms (eg,
tiredness, fatigue, and anxiety) compared with standard medical
records[6], and a separate study found population level benefit
in patients with cancer, including improved 1-, 3-, and 5-year
survival [7]. A third group, feasibility studies, has focused on
testing ePRO solutions in various patient populations in which
little or no ePRO evidence has been generated including
radiotherapy [8], immunotherapy [9,10], surgery [11,12], and
palliative care [13].

There has been an increasing recognition that ePRO-associated
benefits can only be accrued through durable patient engagement
[14] and that current methods can be improved [15]. However,
more interactive, engaging, and personalized designs can only
be achieved by understanding user behavior patterns[14]. Varian
Medical System’s ePRO platform, Noona, is a United States
Food and Drug Administration Class 1 device. It is a
multifunction software that includes three modalities that can
be used to communicate and track treatment-rel ated symptoms
via CTCAE-based [3] Noona symptom questionnaires (NSQ)
totheclinical careteaminreal time. They are (1) questionnaires
administered at regular intervals, which are also available for
ad hoc reporting; (2) adiary; and (3) secure messaging, the last
two of which incorporate NSQ tracking and reporting
functionality. Between November 2020 and January 2021,
Noona implemented a code within its software that collects
objective app use information and assesses satisfaction and
loyalty using asingle, minimally invasive question, “How likely
are you to recommend Noona to another patient.” The patients
responded using an 11-point visual analog scale[16]. Variations
of this question and the associ ated statistic, Net Promoter Score

https://cancer.jmir.org/2022/2/€29292
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[16], are used by two-thirds of Fortune 1000 companies to
measure customer satisfaction and loyalty [17]; they have also
been used within the field of medicine to gauge the quality of
various medical services[18-20], implementation of atelehealth
system [21], and evaluation of software developed for patients
with cancer [22,23] and cancer survivors[24].

Previous research has demonstrated the efficacy of using
electronic devices to collect passive exercise data used by
patientswith cancer generally [25-27] and that such information
is associated with self-reported treatment symptoms [28]. This
information can be easily collected without inconveniencing
patients or clinical staff; however, it is not clear whether such
data, along with the minimally invasive collection of
satisfaction/loyalty ratings, can be used to demonstrate ePRO
value. Thus, the goal of this real-world study is to report how
Noona users employ the three Noona communication and
tracking features (scheduled and ad hoc CTCAE-based NSQs;
adiary with NSQ tracking functionality; and secure messaging).
Thisstudy also aimsto rate app satisfaction/loyalty and explore,
using multivariable analyses, whether patients find value using
these features. Our hypotheses are that, regardless of app
features or construction, users should value the most important
component of communication/tracking of treatment-related
symptoms. Thus, the first set of analyses will explore the
association between communication and tracking features and
satisfaction/loyalty. Next, analyses will test whether those who
use these features report greater satisfaction/loyalty than those
who do not. The last set will determine whether there is a
difference between those who rate the app highly and those who
do not, regarding using the three communication and tracking
features.

Methods

Noona, Participants, and Procedure

Noonaisan ePRO that has been installed in over 100 oncology
clinics across 10 countries. It is currently available in 8
languages and has over 100,000 active users. Clinical staff at
each site onboard patients and assist them with creating a patient
profile. The participants (n=1081) in this study were experienced
Noona users, which is defined as users who have an active
account for more than 30 days, who responded to the
satisfaction/loyalty item, and who were undergoing active cancer
treatment (systemic or radiotherapy) in the United States
between January 2021 (the first-day objective data and patient
satisfaction/loyalty were both collected) and March 17, 2021
(when the data were downloaded and analyzed).

All study data (metadata, patient activities measured in clicks,
and satisfaction/loyalty scores) were collected via software
embedded within Noona code. Study information was passively
collected. The satisfaction/loyalty question is administered
randomly every 3 months. It pops up on the Noona home page,
and users can either respond to it or opt out.

Ethical Considerations

Data were used for quality improvement purposes and thus not
submitted for IRB approval; however, Noona clearly
communicates patient rights when they sign on to use the app.
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Specifically, when creating an account, they have the option of
authorizing data sharing and are informed of those rights. This
includes a statement that Noona collectsinformation for several
purposes including data analysis for resource optimization,
which is the case for this study. Additionally, Noona ensures
that the dataused for any analyseswill be deidentified. Further,
patients are told that if they choose not to share their data, it
will not affect the care received from the health care provider,
eligibility for benefits, or payment for health care, and that they
will still have accessto the app. Patients are informed that they
can revoke this authorization at any time prior to expiration by
contacting Noona (info@Noona.com). Finaly, users are
informed that this authorization ends upon del etion of the Noona
account. When this occurs, any data collected by Noona will
remain with Noona, but the health care provider will not further
disclose any health information concerning the patient to Noona.

M easures

Days Active

Noona reports the number of days since the patient activated
an account. It isacontinuous variable and isused as acovariate
in this study.

Time on the App

Noonameasures usein the number of total minutesthe app was
used since activation. It is a continuous variable and is used as
acovariate in this study.

Age
Approximate patient age was calculated by subtracting the

current year (2021) from the patient’s birth year, which was
extracted as metadata.

Device

Noona captures the operating system of the device that the
patients last used to log into the system (eg, Windows or i0S).
This information was used to create a dichotomous item
representing the device type—computer, smartphone, or tablet.
This variable was used a covariate in this study.

Satisfaction/L oyalty

Noona assesses satisfaction/loyalty by asking users to answer
the question, “How likely are you to recommend Noona to
another patient?” using an 11-point visual analog scale (ranging
from 0 to 10) with the anchors “Unlikely” and “Very Likely”
at opposite ends of the scale. The respondentsclick ontherating
and then submit it. Theinformation is often grouped into three
categories. Patients who rated the app from 0 to 6 were
categorized as “Detractors,” those who rated it 7 or 8 where
considered “Passive,” and those who rated the app 9 or 10 were
characterized as “Promoters’ [16]. For this study, patient
responses were reported using this taxonomy or the original
11-point scale.

Noona Symptom Questionnaires

NSQs were created by an advisory board of physicians who
have clinical and research expertise within the specific treatment
modality. NSQs are used to report treatment symptoms. The
specific questionnaire is predicated on the treatment regimen.

https://cancer.jmir.org/2022/2/€29292
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For example, patients receiving systemic therapy may receive
the Chemotherapy-18 module, while those receiving
radiotherapy for a pelvic cancer would be administered NSQs
with that content. All NSQs include CTCAE-derived itemsin
which patients can report 3 grades of severity (mild, moderate,
and severe) and branching logic which reduces patient burden
by eliminating the need to respond to itemsthat are not rel evant
to the patient. Any responsesthat meet prespecified criteriawill
trigger alerts that can be viewed by the clinical care team. In
turn, the team responds by suggesting an intervention, or in the
case of an emergent concern, it instructs the patient to seek
immediate medical attention. Some sites may assign a
guestionnaire by sending notifications asking patients to
complete the questionnaire at prespecified times, though patients
always have the option of using it any time. In this study, all
clicks within this Noona feature are recorded and represent its
use. Thus, a patient who clicked on this section once will have
ascore of 1, and another who clicked on thisarea 10 timeswill
have ascore of 10. Depending on theanalysis, thisvariable was
either an outcome or predictor variable.

Diary

Noona's diary feature gives patients the opportunity to save
personal clinical and nonclinical information that can be used
for arange of purposesincluding symptom tracking over time.
However, this study focuses on the symptom-reporting
component, which can be used to communicate with theclinical
team in specific circumstances. Thus, similar to the NSQs, every
click within this portion of Noonais recorded and represents a
single use. Therefore, apatient who clicked on that section once
will have ascore of 1, and another who clicked within this area
10 times will have a score of 10. Depending on the analysis,
this variable was either an outcome or predictor variable.

Secure Messaging

This feature gives patients the ability to directly communicate
with the clinical care team regarding clinically relevant and
nonrel evant issues. Sincethis study focuseson clinically relevant
issues, only those data are included. Similar to the other two
features, every click is recorded and represents a single use.
Thus, a patient who clicked on this section once will have a
score of 1, and another who clicked on this area 10 times will
have ascore of 10. Depending ontheanalysis, thisvariable was
either an outcome or predictor variable.

Feature Preference

The patientswere sorted into 1 of 4 categories (“None,” “NSQ,”
“Diary,” and “Secure messaging”) based on the feature they
used most often (defined by number of clicks). Note that those
who did not use any of the 3 specific features were included in
the “None” category.

Analyses

Four sets of analyses are conducted for this study. The first set
used descriptive statistics to report al study variables.
Categorical variableswere reported using count and percentage,
and continuous variables are reported using means and standard
deviations.
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The remaining analyses are exploratory and used generalized
linear models (GLMs), specifying a negative binomial
distribution and a log link function, to test the relationship
between the use of the three communication and tracking
features and satisfaction/loyalty in accordance with a priori
hypotheses. Additionally, the grand estimated margina mean
(the mean response for each factor, calculated as least-squares
means presented at the mean of the covariates) and estimated
marginal means were calculated using a maximum likelihood
algorithm and are reported in their original metric.

The first hypothesis was tested by using separate GLMs to
ascertain whether asymptom or tracking feature was associated
with satisfaction/loyalty, controlling for Noona use (days active
and time on app), age, and device. The next hypothesis, that
patients who do not use any of the tracking features will report
lower satisfaction/loyalty scores compared with those who have
a feature preference, was assessed by testing the association
between the categorical variable feature preference and
satisfaction/loyalty scores, controlling for Noona use (days
active and time on app), age, and device. Thereference category

Table 1. Descriptive data of categorical variables.

Kudel & Perry

for the feature preference variable was “None” The fina
hypothesiswastested using separate GL M sto ascertain whether
the hypothesis that Detractors use each of the three symptoms’
reporting and tracking features|essthan Promoters, controlling
for Noona use (days active and time on app), age, and device.
The covariates included in the analyses were not the primary
focus of the study; thus, only those that were significant
predictorsacrossal modelsarereported at the end of the section
to identify trends more easily.

Results

The participants (Table 1 and Table 2) were generally older
(mean age 65.16 years, SD 12.29), with active accounts for
approximately three-quarters of ayear (mean 285.22 days, SD
173.78), spent approximately 1 hour and 15 minutes using
Noona (mean 76.41 minutes, SD 77.28), and were more likely
to use smartphones or tablets (n=786; 72.4%) the last time they
logged in. The overall satisfaction/loyalty rating was 8.05 (SD
2.91).

Variables Values, n (%)
Device
Computer 295 (27.16)
Smartphone 786 (72.38)
Satisfaction/loyalty groupings
Detractors 227 (20.90)
Passive 187 (17.22)
Promoter 672 (61.88)
Table 2. Descriptive data of continuous variables.
Characteristics Values
Age (years), mean (SD) 65.16 (12.29)
Duration since activation (days), mean (SD) 285.22 (173.78)
Time on app (Min), mean (SD) 76.41 (77.28)
Satisfaction/loyalty, mean (SD) 8.05(2.91)
NSO, mean (SD) 1.26 (2.64)
Diary, mean (SD) 0.78 (2.21)
Secure messaging 0.69 (1.80)

3NSQ: Noona symptom questionnaires.

Of thetotal 1081 patients, 308 (28.36%) patientsused the NQS,
312 (28.73%) used the diary, and 317 (29.19%) used secure
communication modalities, respectively. Overall use ranged
between 1 and 33 times (Figure 1). Patients tended to use NQS
portions of the application most (mean 1.26 clicks, SD 2.64),
followed by the diary (mean 0.78 clicks, SD 2.21), and secure
messaging (mean 0.69 clicks, SD 1.80). Over half of the
participants gave a satisfaction/loyalty rating to Noona
Promoters (scores of 9 or 10: n=672, 61.88%; Table 3)
comprised more than 60% of the sample compared to Passives

https://cancer.jmir.org/2022/2/€29292

(scores of 7 or 8 n=187, 17.22%) and Detractors (scores
between 0 and 6: n=277, 20.90%). The mean rating was 8.05
(SD 2.92).

The GLMs testing the relationship between NSQ use and
satisfaction/loyalty were significant (B=0.01, P=.05; Table 4).
Thisindicatesthat, for every NSQ module click, a0.01 increase
in satisfaction/loyalty score is predicted. The grand estimated
marginal mean was 7.91. The confidence intervals were within
atenth of apoint indicating ahigh degree of accuracy. The other
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two modelsdid not find asignificant relationship betweendiary  The next analysis found that patients who used the NSQ most

and secure messaging use and patient satisfaction.

often reported significantly higher satisfaction/loyalty scores
compared to those who did not use any of the three features

(B=0.71, P=.02; Table 5).

Figure 1. Patients use of symptom, diary, and secure communication modalities by clicks.
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Table 3. Participants' satisfaction/loyalty scores.

Participants and NPS? Frequency Percentage
Promoters
0 57 525
1 19 1.75
2 21 193
3 15 1.38
4 19 175
5 75 6.91
6 21 193
Passive
7 53 4.88
8 134 12.34
Detractors
9 99 9.12
10 573 52.76

3NPS: Net Promoter Score.
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Table 4. Generalized linear models testing the relationship between accessing new modules and satisfaction/loyalty.

Modalities and variables Values
B SE P value Exp (B) 95% CI for odds ratios
Lower Upper
NSQ?
App time 0 0 A7 1.00 1.00 1.00
Days since activation 0 0 .29 1.00 1.00 1.00
Age 0 0 <.001° 1.00 1.00 1.00
Device -0.07 0.03 01P 0.93 0.89 0.98
NSQ use 0.01 0 05° 1.01 1.00 1.02
Diary
App time 0 0 .20 1.00 1.00 1.00
Days active 0 0 .28 1.00 1.00 1.00
Age 0 0 <.001° 1.00 1.00 1.00
Device -0.07 0.03 01P 0.94 0.89 0.98
Diary 0 0.01 .66 1.00 0.99 101
Secure communication
Apptime 0 0 26 1.00 1.00 1.00
Days since activation 0 0 .28 1.00 1.00 1.00
Age 0 0 o1° 1.00 1.00 1.00
Device -0.07 0.03 o1 0.94 0.89 0.98
Secure messaging 0 0.01 A7 1.00 0.99 1.02

3NSQ: Noona symptom questionnaires.
bp< 05

Table 5. Generalized linear models testing the relationship between feature preference and satisfaction/loyalty (“None” was the reference group).

Variables Values

B SE P value Exp (B) 95% CI for odds ratios

L ower Upper
App time 0 0 40 1.00 1.00 1.00
Days since activation 0 0 .38 1.00 1.00 1.00
Age 0 0 992 1.00 1.00 1.00
Device -0.06 0.03 022 0.94 0.89 0.99
Secure communication 0.03 0.03 .39 1.03 0.97 1.10
Diary 0.03 0.03 40 1.03 0.96 1.10
NSQP 0.07 0.03 022 1.07 101 114
8<.05

bNSQ: Noona symptom questionnaires.

The grand estimated marginal mean was 7.94. The estimated
marginal meansfor NSQ (8.26) was 0.57 points higher than the
“None” category (7.69). The two other features (diary=7.91;
secure messaging=7.91) were also higher than “None.” The
confidence intervals were within a tenth of a point, indicating
a high degree of accuracy. The final set of analyses (Table 6)

https://cancer.jmir.org/2022/2/€29292
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found that Detractors and Promoters significantly differ in their
use of the secure communication feature (B=1.307, P=.04). The
grand margina mean was 0.11 clicks, and the estimated
marginal mean was 0.13 clicks for Promoters and 0.11 for
Detractors. The confidence intervals were within a tenth of a
point, indicating a high degree of accuracy.
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Examination of the covariates found a general trend for age; it
was a significant predator in al models, but the relationship
was small. For example, in the model testing the relationship
between NSQ and satisfaction/loyalty, for every minute of app
use there was less than a 0.01 increase in clicks predicted.
Additionally, the device patients used was also a significant
predictor across all models, but the relationship differed
depending on the model. For example, for al three models
testing the relationship between communication and tracking
features and satisfaction/loyalty, patients found consistent

Kudel & Perry

estimated marginal means were higher for smartphone or tabl et
use (8.14) compared with computers (7.81). In the analyses,
testing whether Detractors and Promotersdifferentially predicted
the use of the treatment symptom and tracking features, we
found that for the model s predicting NSQ and secure messaging,
the estimated marginal means were higher for smartphone or
tablet use (0.25 and 0.13, respectively) compared with computer
(0.10 and 0.20, respectively). It wasreversed for the model that
included the diary (computer=0.11; tablet or smartphone=0.12).

Table 6. Generalized linear models comparing those with low and high satisfaction on communication and tracking features (Detractors was the

reference group).
Variables Values
B SE P value Exp (B) 95% CI for odds ratios
Lower Upper
NSQ?
Apptime 0.01 0 <.001° 101 101 1.01
Days since activation 0 0 .59 1.00 1.00 1.00
Age 0.02 0 <.001P 1.02 101 1.03
Device 0.22 0.11 oaP 125 1.01 153
Promoters 0.12 0.11 .28 113 0.91 141
Diary
Apptime 0.01 0 <.001° 101 101 1.01
Days since activation 0 0 o1P 1.00 1.00 1.00
Age -0.03 0 <.001° 0.97 0.96 0.98
Device -0.17 0.13 21 0.85 0.65 1.10
Promoters 0.11 0.14 43 111 0.85 1.45
Secure communication
Apptime 0.01 0 <.001° 101 101 1.01
Days since activation 0 0 .23 1.00 1.00 1.00
Age -0.03 0 <.001P 0.97 0.96 0.98
Device 0.22 0.13 10° 124 0.96 1.60
Promoters 0.23 0.14 10° 1.26 0.96 1.66

3NSQ: Noona symptom questionnaires.
bp<.05

Discussion

Real time reporting of treatment symptoms via ePROs will
increasingly become a critical component of cancer treatment
because patients better recognize symptoms compared with
providers [29,30]. Thereisincreasing evidence that ePRO use
positively impacts critical outcomes (eg, mortality) [4,5,31],
and it will eventually berequired for some reimbursement [15].
Therefore, real-world evidence demonstrating patients’ useand
satisfaction with ePRO software will be anecessary requirement
for all stakeholders (patients, providers, and payers) who want
to simultaneously mitigate patient distress and realize cost

https://cancer.jmir.org/2022/2/€29292

savings. Noona includes, among an array of features, three
methods of communicating and tracking treatment-related
symptomsthat distinguish it among other ePROs and electronic
platforms. The addition of capabilities to collect objective app
use and satisfaction/loyalty with minimal patient burden isthe
veritable “win-win” scenario. Certainly, this information can
be used descriptively, but its ability to produce real-world
evidence, such as ademonstration that the use of these tracking
featuresisassociated with patient satisfaction/loyalty, canyield
deeper understanding of how patients use and value the app.

An incontrovertible finding is that patients like the app; more
than half (n=570, 52.76%) gave it the maximum score of 10,
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and 61.98% (n=670) rated it a 9 or 10. The exploratory
multivariate analyses demonstrate some small but significant
relationships between objective data use of the three
communication modalities in the form of clicks and responses
to an item assessing Noona satisfaction/loyalty. They include
the findings that NSQ use was a significant predictor of
satisfaction/loyalty scores; patients using the NSQ reported
significantly higher satisfaction/loyalty scores than those who
did not use one of the three Noona communication features;
and Promoters used the secure-messaging modality more than
Detractors. In general, we think these exploratory analyses are
successful because, by making some dight adjustments, it is
relatively easy to refine the satisfaction/loyalty item so that

Kudel & Perry

respondents can focus on these features to guide ratings rather
than other potential facets of the app. This will also likely
resolvethe obvious ceiling effect—patients rated the application
so highly (over 50% reported ascore of 10) that it reduced data
variability, which also negatively impacting the analyses.

Whilewe see great potential for the use of Net Promoter Scores,
the data presented in our study have limitations. For example,
we are not able to include more personal or clinically relevant
data because they are not embedded within Noona. Additionally,
we made some assumptions regarding the rel ationship between
clicks and feature use, which future research may find to be
suboptimal.
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Abstract

Background: Colorectal cancer (CRC) is one of the leading causes of cancer death in the United States. The incidence and
prevalence of CRC have historically increased with age. Although rates of CRC in the United States have been decreasing over
the past decades among those aged =65 years, there has been an uptick among those in younger age brackets. Google News is
one of the biggest traffic driversto top news sites. It aggregates and shares news highlights from multiple sources worldwide and
organizes them by content type. Despite the widespread use of Google News, research is lacking on the type of CRC content
represented in this news source.

Objective: The purpose of this study was to analyze content related to CRC screening and prevention in Google News articles
published during National Colorectal Cancer Awareness Month (March 2022).

Methods: Data collection for this cross-sectiona study was conducted in March 2022—National Colorectal Cancer Awareness
Month. Using the term colorectal cancer, 100 English-language Google News articles were extracted and coded for content. A
combined approach—deductive and inductive coding—was utilized. Descriptive analyses were conducted, and frequency
distributions were reported. Univariable analyses were performed to assess differences between articles that mentioned CRC
screening and those that did not via chi-square tests.

Results: Of the 100 articles reviewed, nearly half (n=49, 49%) were created by health news organizations, and another 27%
(n=27) were created by television news services. The predominant themes in the content included age at the onset of disease
(n=59, 59%), mortality related to CRC (n=57, 57%), and the severity of disease (n=50, 50%). Only 18% (n=18) of articles
discussed CRC disparities, 23% (n=23) mentioned that there are hereditary forms of the disease, 36% (n=36) spoke of colonoscopy
to screen for the disease, and 37% (n=37) mentioned how the diseaseistreated. Although most articles mentioned CRC screening
(n=61, 61%), it was striking that sex was only mentioned in 34% (21/61) of these articles, colonoscopy was mentioned in 46%
(28/61), and diet was mentioned in 30% (18/61).

Conclusions: Heightening the public’'s awareness of this disease is important, but it is critical that messages related to how
preventable this cancer is, who is the most likely to develop CRC, and what can be done to detect it in the early stages when the
diseaseisthe most curable be the critical elementsof dialogue, particularly during National Colorectal Cancer Awareness Month.
Thereisaneed to disseminate information about early-onset CRC and theimportance of screening, especially among populations
with low rates of uptake. Web-based newsis potentially an underutilized communi cation mechanism for promoting CRC screenings
as secondary prevention measures for high-risk groups.

(JMIR Cancer 2022;8(2):€39180) doi:10.2196/39180
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Introduction

Colorecta cancer (CRC) is one of the leading causes of cancer
death in the United States [1]. It is estimated that in 2022,
151,030 adultsin the United Stateswill be diagnosed with CRC,
resulting in 52,580 deaths [1]. Risk factors for CRC include
family history and lifestyle factors such as physical inactivity,
dietary factors, overweight and obesity, and alcohol and tobacco
use[2]. Emerging research also suggests that disruptionsto the
gut microbiome due to oral antibiotic use [3] and other factors
[4-6] related to gut microbiota can also be contributing factors.

The incidence and prevalence of CRC have historically
increased with age. According to recent figures, the median age
of diagnosis is 69 years in women and 66 years in men [7].
Although rates of CRC in the United States have been
decreasing over the past decades among those aged >65 years,
there has been an uptick among those in younger age brackets
[7,8]. According to researchers, the “incidence of colorectal
cancer (specifically adenocarcinoma) in adults aged 40 to 49
years has increased by almost 15% from 2000-2002 to
2014-2016" [9]. It is important to note that not only is the
incidence of CRC rising in younger Americans, but the rate of
mortality isaswell [10]. The US Preventive Services Task Force
lowered the recommended age for CRC screening from 50 years
to 45 yearsin 2021 [9].

Screening for CRC can drasticaly reduce morbidity and
mortality. The US Preventive Services Task Force recommends
stool-based and direct visualization—based (eg, colonoscopy,
flexible sigmoidoscopy, and computed tomography
colonography) testsfor screening [10]. Datafrom the Behavioral
Risk Factor Surveillance Survey indicate that 71.6% of adults
aged 50to 75 yearswere up-to-date with all CRC screening test
types, and 69.7% were up-to-date based on thereceipt of afecal
immunochemical test, sigmoidoscopy, or colonoscopy [11].
These numbers do not reflect the 2021 changes that were made
to lower the recommended age for screening [11].

The efforts that have been made to increase screening for CRC
have included interventions, outreach, and targeted
programming, with many aiming to increase knowledge and
awareness. Variationsin screening uptake among Hispanic[12]
and Black [13] individuals are influenced by access to health
care [14] and low health literacy [15]. Understudied but
important factors that can contribute to behavior change are
historical factors. Oftentimes, the most notable historical factors
pertain to celebrities’ engagement with a health topic [16-18].
With regard to CRC specifically, researchers noted an increase
in CRC screening after a newscaster, Katie Couric, announced
her CRC awareness campaign in March 2000 on the Today
Show [19]. More recently, the untimely and tragic death of
Chadwick Boseman at the age of 43 has helped to raise
awareness about important issuesrelated to CRC morbidity and
mortality, specifically early-onset CRC and related CRC health
disparities[20].

https://cancer.jmir.org/2022/2/€39180

Researchers have reported on Google News coverage of the
recent update to CRC screening recommendations[21]. Others
have reported on screening changes covered in web-based
newspapers [22], yet research on the extent to which Google
News is used to share general CRC information is unknown.
News coverageisanimportant channel that is used by the public
to gather health information [23]. Most Americans have shifted
their news consumption methods from using print, television,
and radio sources to using the internet on digital devices [24].
Google News—an aggregate news hub—captures cancer-related
information that is regularly consumed by the general public.
Americans search for cancer-rel ated information through search
engines [25] that funnel their attention to health information
sites that are often reflected in Google News [26].

Google News is one of the biggest traffic drivers to top news
sites[27]. It aggregates and shares news highlights from multiple
sources worldwide and organizes them by content type [28].
Despite the widespread use of Google News, researchislacking
on thetype of CRC content represented in this news source. The
purpose of this study was to analyze content related to CRC
screening and prevention in Google News articles published
during National Colorectal Cancer Awareness Month (March
2022).

Methods

Study Design

Data collection for this cross-sectional study was conducted in
March 2022—National Colorectal Cancer AwarenessMonth. A
search using the term colorectal cancer yielded 100 recent
Google News articles. Relevance was determined based on
mentions of colorectal cancer and the verification that content
wasrelated to CRC in someway. All 100 articleswere deemed
to berelevant. The publication dates ranged between June 2021
and March 2022. The articlesincluded for analysiswerewritten
in English and had to mention colorectal cancer or a known
variation (ie, colon, rectal or bowel cancer). The metadata
(URLS, creation dates, and categories selected) for the 100 news
articles chosen for inclusion were captured and organized in
Microsoft Excel. Any duplicate news articles were excluded.

A combined approach—deductive and inductive coding—was
used by asingle coder (ETJ). The National Cancer Instituteweb
page [29] and the researchers' interests guided the selection of
the predefined variables related to the articles that were coded
deductively. Inductive coding commenced while data were
analyzed as new themes emerged. Codes included descriptive
information, such asthe source of the posts; whether any specific
individuals were mentioned; and, if so, whether alayperson or
public figure was mentioned. Further categoriesincluded CRC
discase—related characteristics (disparities in outcomes,
mortality, the severity of disease, the spread of cancer, treatment,
and related research), CRC risk factors (family history and
hereditary forms of the disease, age at onset, race, sex, and
antibiotic use), and CRC prevention and risk reduction (mentions
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of screening, colonoscopy, diet, the fear of CRC screening, and
insurance coverage and costs of screening).

Descriptive analyses were conducted, and frequency
distributions were reported. Univariable analyses were
performed to assess differences between articles that mentioned
CRC screening and those that did not via chi-square tests. A P
value of <.05 was considered statisticaly significant. All
analyseswere performed by using IBM SPSS version 28 (IBM
Corporation).

Ethical Consider ations

This study did not include the participation of human subjects.
Thus, the William Paterson University Institutional Review
Board determined that this study did not meet the criteria for
ethics review.

Results

Of the 100 articles reviewed, nearly half (n=49, 49%) were
created by health news organizations, and another 27% (n=27)
were created by television news services (Table 1). The
predominant themes in the content included age at the onset of
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disease (n=59, 59%), mortality related to CRC (n=57, 57%),
and the severity of disease (n=50, 50%). Only 18% (n=18)
discussed CRC disparities, 23% (n=23) mentioned there are
hereditary forms of the disease, 36% (n=36) spoke of
colonoscopy to screen for the disease, and 37% (n=37) discussed
how the disease is treated. Most articles mentioned CRC
screening (n=61, 61%), and when they were compared to articles
that did not mention CRC screening, striking differences were
observed.

Articlesthat mentioned CRC screening more often talked about
topics related to this particular cancer, such as CRC mortality
(45/61, 74% vs 12/39, 31%; P<.001), the severity of disease
(37/61, 61% vs 13/39, 33%; P=.008), and the risk for CRC
based on age (46/61, 75% vs 13/39, 33%; P<.001). Although
most articles mentioned CRC screening (n=61, 61%), it was
striking that sex was only mentioned in 34% (21/61) of these
articles, colonoscopy was mentioned in 46% (28/61), and diet
was mentioned in 30% (18/61). In articleswhere CRC screening
was not mentioned, only the treatment of this cancer was
discussed more often than in those that did mention CRC
screening (19/39, 49% vs 18/61, 30%; P=.05).
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Table 1. Characteristics and content of Google News articles (N=100) related to colorectal cancer (CRC; June 2021 to March 2022).
Articles, n (%) CRC screening mentioned, n (%) P vaue
Yes (n=61) No (n=39)
Article-related characteristics and content
Sour ce of information .20
Internet news 9(9) 7(12) 2(5)
Television news 27 (27) 15 (25) 12 (31)
Health news organization 49 (49) 26 (43) 22 (56)
Consumer 1(1) 1(2 0(0)
Educational news 7(7) 6 (10) 1(3)
Non-health organization news 1(1) 0(0) 1(3)
Academic journal 6 (6) 5(8) 1(3)
Government 1(1) 1(1.6) 0(0)
Specific person mentioned .36
Yes 20 (20) 14 (23) 6 (15)
No 80 (80) 47 (77) 33(85)
Type of person mentioned .63
Layperson 16 (80) 11 (79)° 5(83)°
Public figure 4(20)2 3 (21)b 1(17)°
CRC-related characteristicsand content
Disparitiesin outcomes A1
Yes 18 (18) 14 (23) 4(10)
No 82 (82) 47 (77) 35 (90)
Mortality <.001
Yes 57 (57) 45 (74) 12 (31)
No 43 (43) 16 (26) 27 (69)
Severity of disease .008
Yes 50 (50) 37(61) 13(33)
No 50 (50) 24.(29) 26 (67)
Spread of cancer 34
Yes 23(23) 16 (26) 7(18)
No 77 (77) 45 (74) 32(82)
Treatment .05
Yes 37(37) 18 (30) 19 (49)
No 63 (63) 43 (70) 20 (51)
Related research .59
Yes 34.(4) 22 (36) 12 (31)
No 66 (66) 39 (64) 27 (69)
Risk
Family history or hereditary forms of the disease 34
Yes 23(23) 16 (26) 7(18)
No 77 (77) 45 (74) 32(82)
Age <.001
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Articles, n (%) CRC screening mentioned, n (%) P vaue
Yes (n=61) No (n=39)

Yes 59 (59) 46 (75) 13(33)
No 41 (41) 15 (25) 26 (67)

Race .10
Yes 15 (15) 12 (19) 3(8)
No 85 (85) 49 (80) 26 (92)

Sex <.001
Yes 23(23) 21 (34) 2(5)
No 77 (77) 40 (66) 37(95)

Antibiotic use 15
Yes 6(6) 2(3) 4(10)
No 94 (94) 59 (97) 35 (90)

Prevention and risk reduction

Colonoscopy .01
Yes 36 (36) 28 (46) 8(21)
No 64 (64) 33(54) 31(80)

Diet .009
Yes 21(21) 18 (30) 3(8)
No 79 (79) 43 (70) 36 (92)

Fear of screening .84
Yes 3(3) 2(3) 1(3)
No 97 (97) 59 (97) 38(97)

Insurance or cost of screening .06
Yes 13 (13) 11 (18) 2(5)
No 87 (87) 50 (82) 37(95)

#The denominator for this percentage is 20, per the number of articlesin which a specific person was mentioned.
bThe denominator for this percentageis 14, per the number of articlesin which a specific person and CRC screening were mentioned.
“The denominator for this percentage is 6, per the number of articlesin which a specific person was mentioned and CRC screening was not mentioned.

Discussion

Principal Findings

March is National Colorectal Cancer Awareness Month, and it
was designated as such for the express purposes of highlighting
the importance of screening for CRC and promoting healthy
lifestyles to decrease one's risk for developing CRC [30,31].
On February 28, 2022, the White House released a proclamation
signed by the president of the United Statesto kick off themedia
blitz [32]. With the heightened public awareness of the disease
during this month, we reviewed Google News articles related
to CRC during March 2022 to evaluate the content of articles
viewed by the public. Notably, only 61% (61/100) of articles
mentioned CRC screening in general, and of those, less than
half (28/61, 46%) mentioned col onoscopy—the most commonly
used method for CRC screening in the United States [23]. As
CRC is a potentially preventable cancer (ie, through the
detection and removal of adenomatous polyps—a known
precursor to malignancy [33]), the lack of mentions of CRC
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screening is of special concern. Further, with the recent focus
of research on early-onset CRC following the tragic passing of
Chadwick Boseman from CRC at the age of 43 [34] and the
recent changein the age at which to begin CRC screening (from
50 yearsto 45 years) [9], it is particularly concerning that less
than two-thirds (61/100, 61%) of the articles mentioned
screening and screening goals were not atopic of coverage.

The results of this study also indicate that news articles
aggregated by Google News did not sufficiently emphasize
disparities in CRC morbidity and mortality. In fact, this was
mentioned in fewer than 20% (18/100, 18%) of the articles
included in our sample. Disparities among racial and ethnic
minorities persist [35-38], and this is an important point that
should be covered in news articles.

Comparisons With Prior Works

The dearth of health-related Google News coverage on CRC
disparities aligns with research studies that indicate that Black
and Hispanic populations arelesslikely to be advised to undergo
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CRC screenings[39-41]. These results support existing research
that accentuates the need for increased communication efforts
as an approach to influence screening uptake. Heightening the
public’s awareness of this disease isimportant, but it is critical
that messages related to how preventable this cancer is, who is
the most likely to develop CRC, and what can be done to detect
it in the early stages when the disease is most curable be the
critical elements of dialogue, particularly during National
Colorectal Cancer Awareness Month.

Limitations

Thisstudy islimited by the small sample sizeand cross-sectional
design. The news that was present at the time of this study can
fluctuate over time. Asthese datarepresent only 1 pointintime,

Basch et d

there is no point of comparison. The findings cannot be
generalized or be considered representative of all web-based
news. Further, these findings cannot be used to evaluate
behavior. Future studies should determinewho is accessing this
information and how this does or does not influence actions.

Conclusions

There is a need to disseminate information about early-onset
CRC and the importance of screening, especially among
populations with low rates of uptake. Web-based news is
potentially an underutilized communication mechanism for
promoting CRC screenings as secondary prevention measures
for high-risk groups.
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