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Abstract

Background: Patient-reported outcome measures (PROMs) are widely recognized as
important tools for achieving a patient-centred approach in health research. While
PROMs are subject to several stages of validation during development, even ques-
tionnaires with robust psychometric properties may challenge patient comfort and
understanding.

Aim: Building on the experience of patient engagement in the PriCARE research
programme, this paper outlines the team's response to concerns raised by patient
partners regarding the administration of the questionnaire.

Methods: Based on a participatory action research design and the patient engage-
ment framework in the Strategy for Patient-Oriented Research of the Canadian
Institutes of Health Research, PriCARE team members worked together to discuss
concerns, review the questionnaires and come up with solutions. Data were col-
lected through participant observation of team meetings.

Results: This paper demonstrates how patient partners were engaged in PriCARE and
integrated into the programme's governance structure, focusing on the challenges that
they raised regarding the questionnaires and how these were addressed by PriCARE
team members in a six-step approach: (1) Recognizing patient partner concerns, dis-
cussing concerns and reframing the challenges; (2) Detailing and sharing evidence of
the validity of the questionnaires; (3) Evaluating potential solutions; (4) Searching the
literature for guidelines; (5) Creating guidelines; and (6) Sharing and refining guidelines.
Conclusion: This six-step approach demonstrates how research teams can integrate
patient partners as equal members, develop meaningful collaboration through re-
cognition of individual experiences and expertise and ensure that the patient per-

spective is taken into consideration in research and healthcare innovation.

This is an open access article under the terms of the Creative Commons Attribution License, which permits use, distribution and reproduction in any medium,

provided the original work is properly cited.
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1 | INTRODUCTION

It is now widely recognized that involving patients in healthcare re-
search helps to capture what is most important to them. Patient-
reported outcome measures (PROMs) are one of the primary tools in
the philosophy of a patient-centred approach to assess care. They
highlight what really matters in the patient's life and can measure the
impact of an intervention from the patient's perspective.® As stated by
international guidance, questionnaires of PROMs are subject to several
stages of validation, such as identifying the conceptual framework of
the measure and assessing validity and fidelity.”* During the process of
validation, the FDA? and the International Society for Quality of Life
Research® recommend involving patients in the development of the
PROM, for example, by interviewing patients to establish or confirm its
face validity. Still, there remains a large variation in the levels and
methods of patient engagement.* ® Despite recommendation from the
scientific community to avoid the reformulation of questions after a
PROM has been validated,”'° even questionnaires with robust psy-
chometric properties may pose challenges for vulnerable populations.
These challenges can include lack of clarity, degree of comfort an-
swering certain questions or the applicability of a generalized ques-
tionnaire to the particular, complex situation of the individual. The
language used, or the way in which the questions are presented, may

not always be clear to patients,'*?

and the collection of demographic
data may make patients uncomfortable.*®

Questionnaires may be challenging for certain vulnerable groups,
such as people with cognitive impairments, multimorbidity or low literacy
levels. For people with cognitive impairments, quantitative evaluation,
comparison questions, abstract concepts and generalized statements can
be challenging."* The unique situation of patients with multiple chronic
conditions is not always taken into account in the way in which questions
are formulated.’ Individuals belonging to some vulnerable populations
may have difficulty in understanding rating scales and mutually exclusive
response choices or may find them too complex.’” *® Rigid adherence
when administering questionnaires to older people may inhibit the in-
terviewer from interacting and engaging meaningfully with the re-
spondent or responding to cues indicating distress or grief.?”

To overcome some of these challenges, Boynton et al.*¢ propose a
guide to questionnaire research for ‘reaching beyond the white middle
classes’. For example, they suggest placing demographic questions at
the end of the questionnaire to minimize the threat for participants.
Further, they emphasize the importance of explaining clearly why the
information is required and how it will be protected. They also suggest

Patient or Public Contribution: All patient partners from the PriCARE programme
were actively involved in the six-step approach. They were also involved in the

preparation of the manuscript.

guidelines, patient engagement, patient-reported outcome measure, questionnaire

working closely with community representatives and conclude that the
quality of social interactions during questionnaire administration un-
doubtedly influences responses.

The inclusion of patients as genuine partners on research teams
requires researchers to be open and responsive to their feedback.
Building on the experience of the PriCARE team, this paper proposes
(1) steps to address the challenges of patient comfort and under-
standing of the questionnaires and to reach consensus as a team, and

(2) patient-oriented guidelines for administering the questionnaires.

2 | MATERIALS AND METHODS

2.1 | The PriCARE research programme

19:20 was funded by the Canadian

The PriCARE research programme
Institute of Health Research in the Strategy for Patient-Oriented
Research (SPOR)—Primary and Integrated Health Care Innovation
(PIHCI) Network programmatic grants. The programme's overarching
goals are to (1) generate findings on the implementation of case
management (CM) in primary care for individuals with chronic con-
ditions and complex healthcare needs who frequently use healthcare
services and (2) implement an evidence-based intervention to im-
prove care experience and outcomes and to guide policy decision-
making.

The PriCARE research programme is a multiple-case embedded
mixed-methods study conducted in five participating Canadian pro-
vinces: Newfoundland and Labrador, Nova Scotia, New Brunswick,
Quebec and Saskatchewan. One or two primary care clinics were
recruited in each province to implement and evaluate the CM in-
tervention among frequent users of healthcare services with chronic
diseases and complex care needs. The intervention is detailed else-
where.'” To fulfil the inclusion criteria for the programme, partici-
pants must be over 18 years of age, living with at least one chronic
condition (including mental health), have complex healthcare needs,
frequent users of healthcare services according to professional jud-
gement and likely to benefit from the intervention. Patients with loss
of autonomy, living in a long-term care residence, having a prognosis
of less than one year or unable to consent were excluded.

In the PriCARE research programme, we conducted a participa-
tory action research project in which both academic and nonaca-
demic researchers collaborated closely.?’ This design focuses on
enabling action through a reflective process, in which stakeholders
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participate in the data collection and analysis, and identify areas of
action in collaboration with academic researchers.?” Participatory
research aims to improve the participation of the population for
whom the research results are intended, to mitigate power imbalance
and to recognize and promote the value of lived experience. In Pri-
CARE programme research, researchers (principal and coin-
vestigators, research assistants and a postdoctorate fellow) work
closely with patient partners.

In line with the SPOR of the Canadian Institutes of Health Re-
search, PriCARE programme research actively engages patient part-
ners as equal team members in all aspects of the research process.?>?*
A community of patient partners was formed, including six patient
partners, one or two per province, who worked closely with the re-
search team. These patient partners were recruited based on their
personal experience of having complex healthcare needs or as a family
member of someone with complex care needs. The patient partners
were integrated into the programme's governance structure as mem-
bers of the steering committee to ensure their engagement in all re-
search phases and that their priorities remained a focus. Patient
partners were involved in all stages of the PriCARE research pro-
gramme: formulation of the research objectives, review of data col-
lection tools, training of the case managers, recruitment of participants,
programme monitoring, data analysis and interpretation and drafting of
publications. One of the roles of patient partners was to represent the
voice of patients with complex care needs. The terms of reference
agreed on by all PriCARE team members specified the terms and
conditions of patient engagement in the research programme, that is,
purpose, role, activities, working procedures, compensation and
confidentiality.

2.2 | The patient questionnaires

The PriCARE research programme uses a mixed-method data collection
approach, including patient questionnaires. Based on a literature review,
instruments were carefully selected to measure several variables, such as

2526 29,30 self-

3536 |-

multimorbidity,2728 care integration,
33,34

health literacy,
management,®"*? quality of life and psychological distress.
clusion criteria were as follows: ability to be self-administered, good
psychometric properties, availability in English and French and low
number of items. All instruments selected were short (<21 items), reliable
and valid in both languages. See the Supporting Information Appendix S1

for more details.

2.3 | The challenges with the questionnaires

During a meeting with a research assistant, patient partners reviewed the
patient questionnaires, which were comprised of several prevalidated
instruments (Supporting Information Appendix S1), and expressed re-
servations regarding the general administration of the questionnaires, as
well as with specific questions. First, patient partners indicated that going
through the questionnaires was an uncomfortable experience. They

emphasized the personal nature of some of the questions, noting that
certain questions could be triggering as a result of past negative health-
care experiences, and being asked to reflect on difficult topics. These
topics included their ability to care for themselves, their experiences with
physical or psychological distress as a result of multiple chronic illnesses
and mental health challenges. Patient partners emphasized the im-
portance of establishing a relationship of trust between study re-
presentatives and participants by starting the administration process
slowly, reviewing the purpose of the questionnaire, and easing into more
difficult questions to help alleviate discomfort.

Second, patient partners desired clarification on why participants
were being asked such questions, and whether, or how, their re-
sponses would be beneficial. They felt that further justification was
needed for particularly sensitive or invasive questions for participants
to feel comfortable sharing their responses.

Third, patient partners found some of the questions confusing or
found the wording difficult to understand. They felt that there were
several ways to interpret these questions, and that participants would
need assistance, as the response choices did not always reflect the
type of answer that participants would have thought to provide.

Fourth, patient partners felt that some of the questions were phrased
in a way that presumed that the respondent had a single health condition
and did not adequately reflect the realities of living with multiple chronic
conditions. For example, when considering a question concerning health
literacy, patient partners noted that some of the respondents' illnesses
may be well managed by the participant, while others may be more
challenging and less understood. Thus, patient partner participants would
find it difficult to answer questions that did not account for multiple,
complex needs. Patient partners expressed interest in adding, removing
or revising some of the questionnaire items and felt that some of them
seemed outdated. It is important to note that, in general, many patients
suffer from multiple chronic conditions, often alongside mental health

3738 which may interfere with their

conditions and/or social vulnerabilities,
ability to complete a questionnaire.'®
These concerns were discussed during a PriCARE team meeting and

the team members decided to find solutions to address these concerns.

2.4 | Data collection and analysis

Participant observation of eight virtual PriCARE team meetings was
used to collect data on the concerns raised by patient partners re-
garding questionnaire administration and the team's response. The
meetings observed were 1h community of patient partner and
steering committees scheduled between 27 January and 22 June, a
period where the team members recognized and addressed these
concerns. The team members included six patient partners, eight
academic researchers, one postdoctoral researcher and five research
assistants. Data were collected through the minutes from meeting and
notes taken by one of the authors (A. D.). The data were analysed by
two authors (A. D. and C. H.) using thematic analysis®? to capture the
challenges raised by the patient partners regarding the questionnaires,
as well as the steps taken by PriCARE team members to address these
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challenges. Various techniques were used to ensure the trustworthi-
ness (validity and reliability).*® Credibility of the results was ensured
through persistent observations, prolonged engagement of the authors
and member checking. Transferability of the findings was achieved
through thick description of the context of the study. Dependability of
the results was ensured by a description of the data collection and
analysis. Confirmability of the findings was ensured through re-
searchers' triangulation and team validation.

This study was approved by the ethic review boards of the Centre
intégré universitaire de santé et services sociaux de I'Estrie-CHU
(Quebec, Canada). All participants completed and signed an informed

consent form.

3 | RESULTS

3.1 | Addressing the challenges of patient comfort
and understanding of the questionnaires and reaching
consensus

Thematic analysis of data collected during team meetings identified a
six-step approach to address the above challenges.

3.1.1 | Step 1: Recognizing patient partner concerns,
discussing to better understand and acknowledge these
concerns and reframing the challenges

Patient partners first identified, examined and discussed the challenges
regarding the questionnaires amongst themselves and agreed on the
main concerns. Specifically, these concerns included the absence of an
introduction to the questionnaires, unclear words or phrases, imprecise
and/or unnecessary questions, inappropriateness of some questions
for participants with multiple conditions and problematic socio-
demographic questions, including a lack of consideration for gender
diversity. Then, patient partner representatives presented their con-
cerns to the whole PriCARE team. The main difficulty was reconciling
the patients' concerns alongside the academic researcher requirements
to maintain questionnaire validity. Through discussion and reflection,
PriCARE team members recognized patient partners' concerns and
determined how to proceed. The team agreed that a prudent first step
was to present to the patient partners evidence of the questionnaires'
validity and the degree to which patients were engaged in tool de-
velopment (e.g., whether tool development involved cognitive inter-
viewing with patients or other forms of patient consultation).

3.1.2 | Step 2: Detailing and sharing evidence for
the validity of the questionnaires

A table, similar to the Supporting Information Appendix S1, detailing
the evidence of the instruments' validity and supporting their use was
presented to PriCARE team members to support the discussion of

potential solutions. For each variable, the PriCARE team members
discussed whether other instruments would be more appropriate.
Literature searches were undertaken to identify potentially relevant
instruments. At the end of this process, based on the criteria for
selecting tools, the PriCARE team members concluded that initial

instruments were appropriate for the research programme.

3.1.3 | Step 3: Evaluating potential solutions

Despite the above-mentioned concerns raised by the patient
partners, the possibility of replacing or introducing significant
modifications to the questionnaires was discarded by researchers
as this could compromise the psychometric properties of instru-
ments that had already been formally assessed for reliability and
validity.'> However, it was obvious that the PriCARE team mem-
bers could not use the questionnaires without introducing minor
modifications, such as the inclusion of techniques to promote pa-
tient comfort and understanding. Indeed, the ability to establish
rapport with patients is one of the most important skills that re-
searchers need to enable engagement and conduct a sensitively
presented interview. This rapport can be developed by a range of
researcher behaviours, such as paying special attention to the pa-
tient, finding common ground, being courteous and empathic,
making jokes and sharing personal information when appropriate
and providing emotional support. Researcher-administered ques-
tionnaires, rather than self-administered questionnaires, were en-
couraged to build this rapport with the patient.** The PriCARE
team members also favoured the use of neutral statements and
probes that would not affect the validity of the measures (e.g., by
saying: there are no right or wrong answers), interviewing techniques
to encourage response to difficult questions (e.g., by providing
clarification to stimulate a response) and reducing the burden of
the patient by considering some of the challenging aspects of the
questionnaires (to reduce fatigue, consider sensitivity to triggers,

distress).*?

3.1.4 | Step 4: Searching the literature for guidelines
The need to adapt questionnaire items for vulnerable and diverse
populations has been noted in the literature®’; yet, few publications
discuss addressing this by creating guidelines to facilitate the ad-
ministration of questionnaires. To develop their own guidelines, the
researchers searched the literature for academic publications: (1)
providing information to develop guidelines and (2) reporting pa-
tients' challenges with the completion of validated questionnaires.
Boynton et al.’® propose that representing ‘disempowered and
socially excluded groups, cross cultural issues, and participants whose
physical and mental health may interfere with their ability to com-
plete a questionnaire’ may be promoted through careful administra-
tion of questionnaires in addition to training and support of research
staff. The administration of questionnaires is seen as a social
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interaction that may be challenging for both the participant and the

researcher,

and as such, must be rethought to recognize and
overcome their inherent bias towards White, well-educated popula-
tions and to adapt them to the needs of larger segments of the
population.*®1°

The World Health Organization regularly develops guidelines for
administration to accompany survey instruments.*> One such ex-
ample is the World Health Survey's ‘Guide to administration and
question by question specifications’, meant to accompany a survey
instrument developed to compile comprehensive baseline informa-
tion on the health of populations.*? The guide is used as a training
tool for interviewers when administering the questionnaires and
contains instructions, interview guidelines, questionnaire conventions
and background information on each question and why it is asked.
This manual's structure, the topics that it covered and the intent
behind its development have proved useful in the development of
similar guidelines for the PriCARE questions. The section covering the
use of clarifications, probing techniques and feedback as essential
components of standard interviewing techniques was particularly
useful.

The PriCARE team members decided to develop guidelines for
the administration of the questionnaires that would respond to the
challenges identified by patient partners and support researchers in
considering the needs of vulnerable patients while introducing only

minor modifications to the questionnaires.

3.1.5 | Step 5: Creating the guidelines

A working group was formed including one postdoctoral re-
searcher, three research assistants and three patient partners to
discuss modifications and create patient-oriented guidelines for
administering the PriCARE questionnaires. Three meetings were
held. The first was a brainstorming session to discuss the format
and content of the guidelines in response to the challenges posed
by the questionnaires and documented in previous meetings of the
community of patient partners. In the second meeting, a first draft
of the guidelines based on the World Health Survey's ‘Guide to
administration and question by question specifications’ was pre-
sented and discussed, and modifications to the questionnaires
proposed by the patient partners were agreed upon. In the third
meeting, a second draft of the guidelines and modified ques-
tionnaires was reviewed and prepared for presentation to the
larger PriCARE team.

3.2 | Step 6: Sharing and refining the guidelines

The working group presented the guidelines and questionnaires to
the PriCARE team. Team members gave feedback, edited the text
and made suggestions to clarify the content of the guidelines. These
suggestions were incorporated into the final version of the

documents. This version was reviewed and approved by members of
the PriCARE team.

3.3 | Patient-oriented guidelines for administration
of questionnaires

The primary modification to the PriCARE patient questionnaires was
the creation of a manual to guide the administration of the PriCARE
questionnaires. Researcher-administered questionnaires are intended
to facilitate participant completion, but are considered more labour
intensive.'® With patient-oriented guidelines for administration of
questionnaires, the responsibility to comprehend and work through
challenging questions becomes shared between the participant and
the researcher. The manual includes six sections. Section | introduces
the PriCARE research programme and the purpose of the ques-
tionnaires to ensure that the researcher/interviewer is familiar with the
overall research programme. Section Il outlines the roles and respon-
sibilities of the researcher and includes training material on inter-
viewing techniques and preparing to administer difficult or sensitive
questions. Section Ill describes how to administer the questionnaires,
including how to prepare the respondent and what to say to them
before beginning the questionnaires. Section IV reviews the use of
neutral probes, feedback and clarifications on an as-needed basis.
Section V includes a copy of the questionnaires with clarifications
added beneath questions that patient partners had flagged as chal-
lenging. Section VI includes instructions on how to debrief the re-
spondent after completing the questionnaires and end the session. The
manual to guide the administration of the PriCARE questionnaires is
presented in the Supporting Information Appendix S2.

The second modification to the questionnaires was a format
modification'® where clarifications were added to challenging ques-
tions to reduce respondent burden and enhance comprehension and
motivation to complete the questionnaires.'® Clarifications are re-
quired in situations where the participant is unable to understand the
question or the response choices, or expresses difficulty or confusion
regarding a questionnaire item.*? Short statements were added next
to challenging questions, and interviewers were instructed in the
guidelines only to use them after neutral probes or feedback failed to
stimulate a response.

4 | DISCUSSION

This is the first study to report the process of researchers and patient
partners working together to address challenges of patient comfort
and understanding of the questionnaires and to propose patient-
oriented guidelines for administrating the questionnaires. Although
the World Health Organization®? proposed a guide for administration
to accompany survey instruments, their guidelines were developed
based on the scientific expertise of academic researchers and did not

involve patients.
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41 | Process and guidelines adaptable for patient-
oriented projects

With the growing interest worldwide in PROMs,>#4-4¢

optimizing pa-
tient understanding and comfort during the administration of ques-
tionnaires while ensuring validity and respect of psychometric
properties becomes an important target to be achieved. Since the bal-
ance between comfort and validity remains challenging,'>*¢*® the six-
step approach to reach consensus with patient partners and the
guidelines presented in this paper will be useful for research teams,
especially those working with vulnerable populations such as people
with chronic conditions, complex needs, cognitive impairments or be-
longing to minority or migrant groups, highlighting that collaboration.

The six-step process could be shortened by maintaining Steps 1
and 2 (‘Documenting and discussing the problems’, and ‘Detailing and
sharing the evidence for the validity of the questionnaires’) and by
adapting the six sections of our guidelines to any research project.
Section | of the guidelines could be modified to introduce the new
project or programme, the purpose of the questionnaires, with the
objective of ensuring the expertise of the researcher/interviewer in
the overall research programme. Other sections of the guidelines
could be slightly adapted to the new project. Section V should be
reviewed to include a copy of the questionnaires with clarifications
added beneath questions that patient partners had flagged as chal-
lenging. This manual is presented in the Supporting Information
Appendix S3.

5 | CONCLUSIONS

The process of reaching a compromise about questionnaire
administration—retaining validated instruments but reviewing their
administration—is a powerful demonstration of genuine, collabora-
tive partnership between patients and researchers. This six-step
approach demonstrates how research teams can integrate patient
partners into the research team as equal members into the research
team and develop meaningful collaboration through recognition of
individual experiences and expertise. Ultimately, incorporating
these steps ensures that the patient's perspective is expressed
through questionnaire research, the development of data collection

tools and healthcare innovation in general.
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