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Abstract

Objective: Universally acknowledged standards for trustworthy guidelines include the necessity to ground recommendations in patient
values and preferences. When information is limited—which is typically the case—guideline panels often find it difficult to explicitly inte-
grate patient values and preferences into their recommendations. Our objective was to develop and evaluate a framework for systematically
navigating guideline panels in incorporating patient values and preferences in making recommendations.

Study Design and Setting: In the context of developing a guideline for colorectal cancer screening, we generated an initial framework
for creating panel surveys to elicit guideline panelists’ views of patient values and preferences and to inform panel discussions on recom-
mendations. With further applications in guidelines of diverse topic areas, we dynamically refined the framework through iterative discus-
sions and consensus.

Results: The finial framework consists of five steps for creating and implementing panel surveys. The surveys can serve three objectives
following from the quantitative information regarding patient values and preferences that guideline panels usually require. An accompa-
nying video provides detailed instructions of the survey.
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Conclusion: The framework for creating and implementing panel surveys offers explicit guidance for guideline panels considering
transparently and systematically incorporating patient values and preferences into guideline recommendations. © 2023 The Authors. Pub-
lished by Elsevier Inc. This is an open access article under the CC BY license (http://creativecommons.org/licenses/by/4.0/).
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1. Introduction

Standards for the development of trustworthy clinical
practice guidelines include the necessity to ground recom-
mendations in patient values and preferences [1,2]. Patient
values and preferences are the beliefs, expectations, affin-
ities, and priorities for health and life that individuals
may apply in considering the potential benefits, harms, bur-
dens, and costs of different management options [1]. For
guideline developers, patient values and preferences are
critical in interpreting research evidence and formulating
recommendations [3].

Over the last 25 years, the importance of patient values
and preferences in clinical decision-making and in guide-
lines in particular has been increasingly recognized. In
1999, the JAMA Users’ Guides to the medical literature
identified the necessity for explicit incorporation of patient
values and preferences in clinical practice guidelines [4]
and in 2000 another Users’ Guide labeled the necessity to
consider patient values as a core principle of evidence-
based medicine [5]. Both the Cochrane Collaboration and
the National Institute for Clinical Excellence (NICE) have
placed great emphasis on input from patients and caregivers
[6,7]. The GRADE working group has from its outset
emphasized the role of patient values in moving from evi-
dence to decisions [8]. More recently, GRADE has offered
an evidence to decision framework that directs guideline
developers to examine evidence regarding patient values
and preferences and to judge its certainty, as well as consid-
ering variability across patients [9,10].

Ideally, cross-sectional surveys among large samples of
target patients will be able to inform the relative importance
that patients place on different outcomes. Unfortunately,
most of the time, such surveys among target population
are scarce; even when available, survey results often differ,
raising interpretation challenges [11—14]. Consulting with
patient partners or advisory groups, conducting focus group
interviews, or reflecting on experience in shared decision
making may be helpful, but uncertainty regarding patient
values and preferences inevitably remains [15—17]. Hence,
guideline panels often need to make inferences of patient
values and preferences. Many guidelines fail to make the
process of arriving at their inferences regarding values
and preferences, or their recommendations, explicit
[11,12,14].

In the BMJ Rapid Recommendations—an international
clinical practice guideline initiative aiming to produce

trustworthy, accessible, and timely guidance [18]—we have
struggled with appropriately incorporating patient values
and preferences. To address the issue our team established
a five-step framework for developing and implementing
guideline panel surveys to quantitatively ascertain panels’
inferences regarding patient values and preferences.

In this article, we describe the development of this
framework and illustrate each step within the framework
for creating and implementing guideline panel surveys. A
paired paper reports the results of a qualitative study eval-
uating the influence of the surveys in the process of making
guideline recommendations [19].

2. Methods

A steering group consisting of experts in guideline meth-
odology and patient values and preferences (GHG, LMH,
RAS, POV, TA, LL, MB and LZ) coordinated the develop-
ment and refinement of the framework for creating and im-
plementing guideline panel surveys.

2.1. Initial development of the framework

In the context of developing recommendations for colo-
rectal cancer screening [20], the steering group constructed
a survey for eliciting the guideline panel’s view regarding
the smallest benefit in colorectal cancer incidence and mor-
tality that, given harms and burdens, the target population
would require to undergo screening. Appendix | presents
a brief introduction to this guideline.

Based on experience from this guideline, the steering
group developed an initial framework for using surveys to
guide guideline panels in making inferences regarding deci-
sion thresholds based on patient values and preferences
(e.g., given the harms or burdens of an intervention, what
is the smallest benefit patients would require for accepting
the intervention). We refer to the overall approach to
creating surveys to elicit panel’s views regarding patient
values and preferences as a ‘“framework”™ [21].

2.2. Pilot application and refinement of the framework

The steering group applied the framework to another
seven guideline panels addressing different topic areas,
including the World Health Organization guideline panel
addressing  therapeutics for COVID-19  [22—-28]
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What is new?

Key findings

e We introduce a systematic framework incorpo-
rating patient values and preferences into guideline
recommendations.

e Following the framework, one can develop and
implement surveys that explicitly task guideline
panelists to reflect on patients’ perspective, and
to make inferences regarding the distributions of
patient values and preferences.

e Results from the panel surveys can establish
thresholds for the minimally important differ-
ence (i.e., the smallest change associated with
a single outcome that patients would perceive
as important); establish decision thresholds
(i.e., patients’ choice of accepting or declining
an intervention would reverse when the effect
associated the intervention falls on one side
or another of the threshold); or explicitly judge
whether benefits of interventions outweigh
harms or burdens.

What this adds to what was known?

e The panel survey approach allows guideline panels
to systematically focus on their understanding of
the patients’ perspective, and in doing so make in-
ferences regarding the distribution of patient values
and preferences. Incorporating survey findings into
the panel discussion clarifies the rationale for
panels’ decisions regarding the direction and
strength of recommendations, thus enhancing the
transparency of the process.

What is the implication and what should change

now?

e This article highlights the need for guideline panels
to make inferences regarding patient values and
preferences—without such inferences, transpar-
ently trading off desirable and undesirable conse-
quences of intervention is impossible.

e When the guideline recommendation is preference
sensitive, the guideline panels might want to apply
the framework introduced in this article to facili-
tate panelists making inferences regarding patient
values and preferences.

e We are available for consultation for any guideline
panel facing challenges in developing and imple-
menting the panel survey.

(Appendix 2). Based on experience with these applications,
the steering group, through a process of iterative discus-
sions and consensus, dynamically refined the framework
to i) extend the objectives of panel surveys, ii) finialize
and standardize the steps for developing and implementing
panel surveys, and iii) clarify when guideline panels should
consider applying panel surveys (i.e., in which situation
panel surveys would be useful).

2.3. Development of an educational video for
implementing guideline panel surveys

To facilitate educating guideline panelists, the steering
group developed a preliminary version of a video that intro-
duced the key concepts in the panel surveys. Through on-
line user-testing interviews, the steering group collected
feedback on the clarity and usefulness of the video.
Appendix 3 presents the interview guide for the user-
testing interviews.

The steering group anticipated the feedback might vary
based on interviewees’ prior experience with the panel sur-
veys, and thus using purposeful sampling included guide-
line panelists with and without experience of taking the
panel survey (those who took the panel survey before the
development of the video, who did not take the survey
and will participate in the survey within the next
1—2 months, and who did not take the panel survey and
do not yet have an explicit plan to apply the survey in
the next 2 months). These interviewees acted as different
roles including patient partner, clinical expert, methods
co-chair, clinical chair, and guideline methodologist from
eight different guideline panels.

A professional transcriber transcribed recordings of
panel meetings and interviews in English and removed
identifying information. Using qualitative description the
steering group analyzed the transcripts of all interviews in
Nvivo™ 12 and refined the video accordingly. Appendix
Figure 1 summarizes the development process of the educa-
tional video.

The Hamilton Integrated Research Ethics Board (HiR-
EB) approved the evaluation regarding the influence of
the guideline panel survey approach on the process of mak-
ing recommendations (Project Number: 13297) and the
user-testing interviews of the educational video (Project
Number: 14984).

3. Results

Fig. 1 outlines the five-step framework we propose to
develop and implement a panel survey directing guideline
panelists to make inferences of patient values and prefer-
ences. Box 1 illustrates each step using an example.
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Box 1 An example of applying the five-step framework for developing and implementing a panel survey

Step 1: judging whether a recommendation is preference-sensitive

Consider a guideline panel making recommendations regarding plasma exchange in addition to usual care (I) vs.
usual care alone (C) in patients with ANCA-associated vasculitis (P) [24]. The key potential benefit associated with
plasma exchange was reduction in end-stage kidney disease (ESKD) (O) [24]. The key potential harm was increase
in serious infections (Q). The timeline for measuring both outcomes was 1 year (T).

The steering group of the guideline panel perceived that among patients with ANCA-associated vasculitis, the values
and preferences toward plasma exchange varied widely and the survey could thus be useful.

Step 2: deciding on survey objective

Using data from current trials, the steering group established that the baseline risk of developing ESKD and serious
infections varied widely and was strongly associated with the patients’ serum creatinine level [29]. Recommendations
probably would differ for subgroups of patients with different serum creatinine levels.

To inform the trade-off between the key benefit (reduction in ESKD) and harm or burden (increase in serious infec-
tions) associated with plasma exchange, the panel could either establish the minimum benefit that patients would
require for accepting plasma exchange (Objective 2), or directly judge the percentage of patients who would elect
for or against plasma exchange (Objective 3). As applying Objective 2 would elicit multiple decision thresholds for
subgroups, which would require panelists to reflect on more questions, the steering group decided to apply Objective 3.

Step 3: formulating the survey

The survey for each subgroup of patients presented the baseline risks and corresponding decrease in ESKD and in-
crease in serious infections associated with plasma exchange (informed by a systematic review) [29]. The first scenario
was ‘““for patients with serum creatinine level <200 pmol/L, plasma exchange lowers the risk of developing ESKD by 4
in 1,000 (from 50 to 46 in 1,000), but increases the risk of serious infections by 27 in 1,000 (from 100 to 127 in 1,000)
at 1 year”.

The survey asked the panelists “for patients with ANCA-associated vasculitis and with serum creatinine <
200 pmol/L, how would patients view the trade-off between the benefit and harm of plasma exchange?”’

The options include:

- All or almost all (>90%) would choose plasma exchange
- Most (75—90%) would choose plasma exchange

- Majority (50—75%) would choose plasma exchange

- Majority (50—75%) would decline plasma exchange

- Most (75—90%) would decline plasma exchange

- All or almost all (>90%) would decline plasma exchange

In the rest scenarios, the survey presented the benefit and harm associated with plasma exchange in other subgroups
(serum creatinine levels at 200—300, 300—400, 400—500, or >500 pmol/L). Following each scenario, the survey
asked, given the reduction in ESKD and the increase in serious infections associated with plasma exchange, what pro-
portion of patients would choose or decline plasma exchange. Appendix 4 presents the full survey.

Step 4: educating panelists and collecting responses

At a panel meeting, the steering group introduced the survey, and had a separate meeting with the patient partners to
help them understand the survey. Through an online survey tool, the steering group collected the panelists’ responses.

According to these responses, the steering group identified that for patients with serum creatinine level <300 pmol/
L, most panelists perceived that the majority would decline plasma exchange. While for patients with serum creatinine
level >300 pmol/L, most panelists perceived the majority would choose plasma exchange.

Step 5: presenting the findings and eliciting panel discussions

At the next panel meeting the steering group presented the aggregated findings and launched discussions on the di-
rection and strength of recommendations for subgroups of patients.
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Step 1 Judging whether a recommendation is preference-sensitive
Planning the survey Yes No
Step 2 Deciding on survey objective No need to consider the survey
Designing the survey l
Step 3 Formulating the survey
Step 4 Educating panelists and collecting responses
Implementing the survey l
Step 5 Presenting the findings and eliciting panel discussions

Fig. 1. Outlines the five-step framework we propose to develop and implement a panel survey directing guideline panelists to make inferences of

patient values and preferences.

3.1. Step 1: judging whether a recommendation is
preference-sensitive

The process begins with defining the PICOT (patient,
intervention, comparison, outcomes and timeline for
measuring the outcomes) of the recommendation. One
(usually a steering group of a guideline panel) should
consider whether the balance between benefits and harms
or burdens is sufficiently close that the recommendation
is preference-sensitive. If this is the case, the survey has
proved relevant and useful. If the recommendation is not
preference-sensitive—in other words, it is clear by the
judgment of the steering group or the panel that all or
almost all patients would choose or decline the interven-
tion, one need not further consider the survey.

3.2. Step 2: deciding on survey objective

The objectives of surveys follow from three types of
quantitative information regarding patient values and pref-
erences that guideline panels may require:

Objective 1, Establishing the smallest change associated
with a single outcome (a benefit or a harm or burden) that
patients would perceive as important (minimal important
difference, MID).

Objective 2, Given the benefits associated with an inter-
vention, specifying a decision threshold for the maximum
key harm or burden that patients would accept for using
the intervention; or given the harms or burdens associated
with an intervention, specifying a decision threshold for
the minimum key benefit that patients would require for us-
ing the intervention.

Objective 3, Given best estimates of an intervention’s
benefits, harms, or burdens, making inferences regarding
the choices that patients would likely make for or against
an intervention.

Box 2 using examples illustrates the three objectives.

3.3. Step 3: formulating the survey

Achieving Objective 1 and 2 requires specifying a quan-
tified threshold, usually a tough task for panelists. The sur-
vey design, acknowledging this challenge, elicits guideline

panels’ inferences regarding whether patients would
perceive a particular magnitude of effect as above or below
the underlying MID (Objective 1) or decision threshold
(Objective 2). The survey provides a sequence of magni-
tudes of effect (the suggested threshold), gradually moving
toward an intermediate number (a ping-pong approach
going from one extreme to another, gradually narrowing
the differences). When a panelist switches his or her
response from an effect above the threshold to the effect
below the threshold, or vice versa, the panelist effectively
identifies a narrow range within which the underlying
threshold lies.

For achieving Objective 3, the survey simultaneously
presents the effect estimates on benefits and harms or bur-
dens associated with the intervention (usually informed by
systematic reviews), and directs panelists to consider
whether patients would choose or decline the intervention.

As patient values and preferences differ, the survey asks
panelists to infer the distribution of patient values and pref-
erences they would anticipate from a representative group
of patients. The standardized options in the survey are as
follow: all or almost all (>90%), most (75—90%) or a ma-
jority (50—75%) of patients would consider a particular ef-
fect as trivial or important (Objective 1), or would choose
or decline an intervention (Objective 2 or 3). Box 2 using
the examples illustrates the survey designs.

3.4. Step 4: educating panelists and collecting
responses

All guideline panelists including clinicians, content ex-
perts, patient partners (i.e., people with lived experience
of having the condition or illness, and/or having cared for
someone with the condition or illness), guideline methodol-
ogists and systematic reviewers can complete the surveys.
To prepare panelists for the survey, one may want to
consider the video that introduces the key concepts of the
survey. Extra time to educate patient partners may be
advisable.

Through online survey tools, one can collect individual
panelists’ responses to the survey. To summarize the find-
ings, one can describe the median and the range of
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Box 2 Examples of three different survey objectives and designs

Objective 1 Establishing an MID threshold

Consider a guideline panel making recommendations for patients with high risk of myocardial infarction regarding a
new treatment to reduce that risk [25]. To interpret whether a certain effect of treatment on myocardial infarction is
important or not, the panel required information about the smallest reduction in myocardial infarctions that patients
would perceive as important (the MID threshold), and thus applied Objective 1.

The survey presented a series of scenarios in which the magnitude of effect on reducing myocardial infarctions var-
ied. The first scenario was ‘““in adults considering the possibility of using the new treatment to reduce the risk of
myocardial infarction, the treatment lowers their risk by 1 in 1000 over a period of 5 years™. In the following scenarios,
the reduction in myocardial infarctions changed to 20, 3, 15, 5, 10, 8 and 12 in 1000 (a ping-pong approach going from
one extreme to another, gradually narrowing the differences). Under each scenario, the survey asked panelists to make
inferences regarding the proportion of patients who would consider the particular magnitude of effect on myocardial
infarction as either important or trivial.

The options include the following:

- All or almost all would consider this an important effect
- Most would consider this an important effect

- A majority would consider this an important effect

- A majority would consider this a trivial effect

- Most would consider this a trivial effect

- All or almost all would consider this a trivial effect

When a panelist switched the response from “‘a majority would consider this an important effect” to ‘“‘a majority
would consider this a trivial effect” (or vice versa), the panelist identified a narrow range within which the MID lies.
Appendix 5 presents the full surveys for the three examples in Box 2.

Objective 2 Establishing a decision threshold

Consider a guideline panel making recommendations regarding colorectal cancer screening in adults aged 50
—79 years [20]. The panel considered reduction in colorectal cancer related mortality as the key benefit and
increase in gastrointestinal perforation and major gastrointestinal bleeding as the key harms or burdens.

To tradeoff the key benefit and harms or burdens, the panel required information on the smallest reduction in colo-
rectal cancer related mortality that given harms or burdens people would require to accept screening (the decision
threshold), and thus applied objective 2.

Before the panel reviewed evidence on benefit, the survey presented the harms or burdens associated with screening
and a series of scenarios in which the absolute reduction in colorectal cancer related mortality varied. The first scenario
was ‘“‘adults screened with colonoscopy have a 1 in 1,000 lower risk of dying from colorectal cancer over a period of
15 years”. In the remaining scenarios, the reduction in colorectal cancer related mortality changed to 15, 5, and 10 in
1,000 (a ping-pong approach). Following each scenario, the survey asked the panelists to estimate the proportion of
adults that would choose or decline screening.

The options include the following:

- All or almost all would choose screening
- Most would choose screening

- A majority would choose screening

- A majority would decline screening

- Most would decline screening

- All or almost all would decline screening

When a panelist switched the response from ‘‘the majority would choose screening” to “‘the majority would decline
screening” (or vice versa), the panelist identified a narrow range within which the decision threshold lies.
Objective 3 Explicitly specifying the percentage of patients who would elect for or against an intervention

Consider a guideline panel making recommendations regarding sodium-glucose transport protein 2 (SGLT 2) inhib-
itors for patients with type 2 diabetes [23]. The panel considered that the key benefit associated with SGLT 2 inhibitors
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ketoacidosis.

was reduction in mortality, and the key harms or burdens included increase in genital infection and diabetic

Using data from current trials, the panel established that the absolute reduction in mortality associated with SGLT 2
varied widely among patients with different baseline risks [30]. To judge the preferences toward SGLT 2 inhibitors
among subgroups of patients, the panel applied Objective 3.

The survey presented the harms or burdens associated with SGLT 2 inhibitors that were constant across subgroups,
and then presented the first scenario as ‘““for patients with type 2 diabetes without cardiovascular risk factor (very low
risk group), taking SGLT 2 inhibitors has a 5 in 1,000 reduction in mortality (from 20 to 15 in 1,000) over a period of
5 years”. In the remaining scenarios, the reduction in mortality associated with SGLT 2 inhibitors changed to 48, 15,
34, and 5 in 1000 (a ping-pong approach). Following each scenario, the survey asked the panelists to estimate the pro-
portion of patients that would choose or decline SGLT 2 inhibitors. The response reflected panelists’ inferences
regarding the distribution of choices among subgroups of patients.

panelists’ inferences regarding the MID (Objective 1) or the
decision threshold (Objective 2) or describe the number of
panelists who consider majority of patients would elect for
or against the intervention reflecting the panel’s inferences
regarding the distribution of patients’ preferences (Objec-
tive 3).

3.5. Step 5: presenting the findings and eliciting panel
discussions

One can present the aggregated findings from the survey
in panel meetings to elicit panel’s discussions on the inter-
pretation of evidence, the trade-off between benefits and
harms, or the direction and strength of recommendations.

4. Discussion
4.1. Main findings and interpretations

When judging the balance between benefits and harms
associated with interventions, guideline panels need to
interpret the available information and to make inferences
regarding patient values and preferences that are necessary
in moving from evidence to recommendations. We have
developed a novel framework for directing guideline panels
to make such inferences, and provided guidance on how
those using the framework can develop and implement a
panel survey to elicit guideline panelists’ view of patient
values and preferences.

The panel survey approach allows guideline panels to
systematically take the patients’ perspective and in doing
so make inferences regarding the distribution of patient
values and preferences. Incorporating survey findings into
the panel discussion clarifies the rationale for panels’ deci-
sions regarding the direction and strength of recommenda-
tions, thus enhancing the transparency of the process.

The panel survey is not intended to replace primary
studies of patient values and preferences (e.g., surveys
among patients). Ideally, to optimize panelists’ judgments
in completing the surveys, practice guidelines can include
a review of relevant primary studies (Appendix 5, Example

3 provides an example). Panelists can respond the surveys
based on relevant primary studies from such a review, on
focus groups commissioned by the guideline panel, on con-
versations addressing health care decisions with friends or
family or, for panelists who are clinicians, on their experi-
ence in shared decision-making with patients.

4.2. Strengths and limitations

One prior survey approach, applied in a Chilean
COVID-19 living guideline, asked guideline panelists to
suggest values of the thresholds for large, moderate, small,
or trivial effect [31,32]. The key differences between the
survey applied in the Chilean guideline and ours include:
we direct guideline panels to think from patients’ perspec-
tive; surveys are not only applicable for setting thresholds
(Objective 1 or 2) but also for directly trading off the ben-
efits vs. harms or burdens (Objective 3); recognizing that
patient values and preferences often vary, rather than asking
panelists to directly specify a threshold or a choice, we ask
panelists to infer the distributions of patient values and
preferences; finally, we have conducted a qualitative study
of the impact of our surveys to inform strengths and limita-
tions [19]. The qualitative evaluation revealed that most
panelists found the surveys primed them in considering pa-
tient values and preferences and facilitated the incorpora-
tion of patient values and preferences in the tradeoffs
between benefits and harms or burdens. The variation of pa-
tient preferences (provided by responses regarding the dis-
tribution of preferences) and uncertainty regarding patient
values and preferences (reflected in variation in panelists’
responses to the survey questions) helped the panels ponder
the strength of recommendations [19]. No other existing ap-
proaches provide a formal process for explicitly and sys-
tematically interpreting and incorporating patient values
and preferences into making recommendations.

One may question guideline panelists’ ability to
generate insights in patient values and preferences. Indeed,
several panelists who participated in our qualitative study
raised this issue. Developing recommendations, however,
always requires guideline panels to make inferences
regarding typical values and preferences—without such
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inferences, trading off desirable and undesirable conse-
quences of interventions is not possible. Completing the
panel survey not only provided best estimates of patient
values and preferences, but through variable panel re-
sponses, revealed existing uncertainties. Highlighting such
uncertainties can inform both the strength of recommenda-
tions (the greater the uncertainty, the more likely a condi-
tional or weak recommendation) and the need for further
research regarding values and preferences among target
patients.

A survey among patients with ANCA-associated vascu-
litis towards plasma exchange and a survey among adults
towards colorectal cancer screening provide some reassur-
ance regarding the results of the panel surveys [33,34]. In
both cases, although some respondents proved to be unin-
fluenced to the magnitude of benefits and harms (they chose
or declined the intervention across all magnitudes pre-
sented), those whose decisions were influenced chose the
thresholds consistent with panels’ inferences.

5. Conclusion

When judging the balance between benefits and harms
associated with interventions, to formulate recommenda-
tions guideline panels must make inferences regarding pa-
tient values and preferences. Our proposed framework has
proved helpful in facilitating guideline panels’ explicit
consideration of patient values and preferences and in
providing an explicit rationale for panels’ decisions. We
are available for consultation for any guideline panel
seeking guidance in creating and implementing panel
surveys.
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