Whitaker et al. Implementation Science (2020) 15:108
https://doi.org/10.1186/513012-020-01070-3 |mp|ementation Science

®

Check for
updates

Coincidence analysis: a new method for
causal inference in implementation science

Rebecca Garr Whitaker', Nina Sperberz, Michael Baumgarmer3, Alrik Thiem? Deborah Cragurﬁ
Laura Damschroder®, Edward J. Miech’, Alecia Slade® and Sarah Birken®"

Abstract

Background: Implementation of multifaceted interventions typically involves many diverse elements
working together in interrelated ways, including intervention components, implementation strategies, and
features of local context. Given this real-world complexity, implementation researchers may be interested
in a new mathematical, cross-case method called Coincidence Analysis (CNA) that has been designed
explicitly to support causal inference, answer research questions about combinations of conditions that are
minimally necessary or sufficient for an outcome, and identify the possible presence of multiple causal
paths to an outcome. CNA can be applied as a standalone method or in conjunction with other
approaches and can reveal new empirical findings related to implementation that might otherwise have
gone undetected.

Methods: We applied CNA to a publicly available dataset from Sweden with county-level data on human
papillomavirus (HPV) vaccination campaigns and vaccination uptake in 2012 and 2014 and then compared
CNA results to the published regression findings.

Results: The original regression analysis found vaccination uptake was positively associated only with the
availability of vaccines in schools. CNA produced different findings and uncovered an additional solution
path: high vaccination rates were achieved by either (1) offering the vaccine in all schools or (2) a
combination of offering the vaccine in some schools and media coverage.

Conclusions: CNA offers a new comparative approach for researchers seeking to understand how
implementation conditions work together and link to outcomes.
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Contributions to the literature

e Coincidence Analysis (CNA) represents a new mathematical,
cross-case method for researchers evaluating the implemen-
tation of complex interventions in dynamic settings.

e (CNA can address multiple dimensions of real-world complex-
ity, including conjunctivity (where several conditions must
be jointly present to bring about an outcome) and equifinal-
ity (where different paths can lead to the same outcome).
CNA can also detect causal chains, where conditions lead to
an intermediary outcome, which then leads to the final
outcome.

e Intentionally designed to investigate different hypotheses
and uncover different properties of causal structures than
more traditional approaches, CNA can identify
implementation-related findings that might otherwise go

undetected.

Background

One of the basic analytic challenges within implementa-
tion science is to study and understand implementation
within real-world, dynamic settings. Implementation of
multifaceted interventions typically involves many di-
verse elements working together in interrelated ways, in-
cluding intervention components, implementation
strategies, and features of local context. Furthermore,
boundaries between an intervention, its implementation,
and its contextual features can prove difficult to discern
in practice [1, 2].

For researchers seeking to explain these complex rela-
tionships encountered in real-world settings, causal in-
ference can play an important role. Since the mid-1980s,
Configurational Comparative Methods (CCMs) have in-
creasingly been recognized as effective methods for
causal inference, especially in the social sciences. The
cumulative number of CCM-related publications listed
in the core collection of the Web of Science [3] has dra-
matically escalated in recent years, with more total pub-
lications appearing during the 3-year period from 2017
to 2019 than in the entire preceding 22-year period be-
tween 1995 and 2016.

CCMs have also started to make prominent appear-
ances within the health services research and implemen-
tation science literatures. CCMs, for example, were used
in a recent Cochrane Review to identify conditions dir-
ectly linked with successful implementation of school-
based interventions for asthma self-management [4], fea-
tured as an innovative member of the mixed-methods
repertoire in a major methodological review in public
health [5], highlighted as a central method in newly pub-
lished implementation science protocols [6, 7], and ap-
plied to determine different pathways for federally
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qualified health centers to achieve patient-centered med-
ical home status [8]. CCMs were also featured in a dedi-
cated chapter in the 2020 Handbook on Implementation
Science [9].

CCMs are designed to investigate different hypotheses
and uncover different properties of causal structures
than traditional regression analytical methods (RAMs)
[10, 11]. Qualitative Comparative Analysis (QCA) is one
kind of CCM that, to date, has been most frequently ap-
plied in implementation science and health services re-
search. The purpose of this article is to introduce a new
CCM to the implementation research community: Coin-
cidence Analysis. Coincidence Analysis (CNA) is a math-
ematical, cross-case approach that can be applied as a
standalone method or in conjunction with other
methods (including RAMs) to support causal inference
and is available via the R-package cna [12-14].

CNA offers a new cross-case method for implementa-
tion and health services researchers exploring causality
when evaluating or implementing multifaceted interven-
tions in complex contexts. Investigators applying CNA
can conduct analyses across entire datasets to identify
specific combinations of components and conditions
that consistently lead to outcomes and can be applied to
large-n as well as small-n studies. Peer-reviewed,
implementation-related work specifically involving CNA
has started to emerge in implementation science, includ-
ing podium presentations at major implementation con-
ferences [15, 16], methods workshops dedicated
specifically to CNA [17], published protocols [18], and
full-length articles in established journals [19-23].

CNA is a new comparative approach that can be used by
the implementation research community to support causal
inference, answer research questions about conditions that
are minimally necessary or sufficient, and identify multiple
causal paths to an outcome. We present this article in three
parts. In part 1, we establish the theoretical foundation for
CCMs, define CNA as a method within the CCM family,
and describe what CNA (and CCMs) uniquely offer. In part
2, we illustrate CNA by applying the method to a publicly
available dataset that was originally analyzed using RAMs.
In part 3, we offer guidance for reporting CNA design and
results, and we discuss the limitations and challenges of
CNA. In the additional files accompanying this article, we
provide detailed descriptions of the steps and coding used
to conduct the analysis (see Additional file 1) and the ana-
lytic dataset used (see Additional file 2) along with the R
script (see Additional file 3) to allow for independent repli-
cation and validation of results.

Part 1: laying the theoretical foundation for CCMs
Defining causal inference in CCMs

CNA is one method within a class of CCMs used to
model complex patterns of conditions hypothesized to
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contribute to an outcome within a set of data. CCMs
search for causal relations as defined by a regularity the-
ory of causality, according to which a cause is a “differ-
ence-maker” of its effect within a fixed set of
background conditions. More specifically, X is a cause of
Y if there exists a fixed configuration of background fac-
tors @ such that, in @, a change in the value of X is sys-
tematically associated with a change in Y. If X does not
make a difference to Y in any @, X is redundant to ac-
count for Y and, thus, not a cause of Y. The most influ-
ential theory defining causation along these lines is
Mackie’s INUS-theory [24], with refinements by Graflh-
off and May [25] and Baumgartner [26]. An INUS condi-
tion of an outcome Y is an insufficient but necessary
part of a condition that is itself unnecessary but suffi-
cient for Y. To use a common example for illustrating
INUS conditions: not every fire is caused by a short cir-
cuit—fires can also be started by, for example, arson or
lightning. However, a short circuit in combination with
other conditions—e.g., presence of flammable material
and absence of a suitably placed sprinkler—is sufficient
for a fire. In this example, the short circuit is an INUS
condition: it is a necessary, but itself insufficient, part of
a sufficient, but itself unnecessary, condition for a fire.
This particular causal path to a fire includes the combin-
ation of three specific conditions: presence of a short cir-
cuit, presence of flammable material, and absence of a
sprinkler. All three of these conditions are difference-
makers, for if one of them is missing, the fire does not
occur along this causal path.

Regularity theories account for the Boolean properties
of causation, which encompass three dimensions of
complexity. The first is conjunctivity: to bring about an
outcome, several conditions must be jointly present. For
example, in a study of high-performance work practices
and frontline health care worker outcomes, Chuang and
colleagues [27] found that no single high-performance
work practice was alone sufficient to produce the out-
come of high job satisfaction. Instead, a configuration
consisting of creative input, supervisor support, and
team-based work practices together accounted for 65%
of highly satisfied frontline health care workers [27].
Chuang and colleagues identified a second configuration
that also led to high job satisfaction: supervisor support,
incentive pay, team-based work, and flexible work [27].
Both configurations resulted in high job satisfaction in-
dependently of each other. These configurations illus-
trate equifinality, a second dimension of complexity
where different paths can lead to the same outcome.
The third dimension of complexity is sequentiality: out-
comes tend to produce further outcomes, propagating
causal influence along causal chains. For instance, high
job satisfaction of health care workers may, in turn, pro-
mote patient satisfaction [28].
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Why use CCMs in implementation research? CCMs
study different properties of causal structures than
RAMs and thus are appropriate for exploring different
types of hypotheses. RAMs examine statistical properties
characterized by probabilistic or interventionist theories
of causation. In the probabilistic framework, X is a cause
of Y'if, and only if, the probability of Y given X is greater
than the probability of Y alone and there does not exist
a further factor, Z, that explains (i.e., neutralizes) the
probabilistic dependence between X and Y [29, 30]. In
the interventionist framework, X causes Y if, and only if,
there exists an intervention on X that changes the out-
come Y while causes on other paths to Y are fixed. The
interventionist theory of causation is counterfactual in
that a case cannot simultaneously “receive” and “not re-
ceive” an intervention; instead, the intervention model
maps possible values of Y onto possible values of X, fo-
cuses on how variables X and Y relate to one another,
and generates average treatment effects over a popula-
tion [11, 31].

Conversely, CCMs trace Boolean properties of causal
structures as described by regularity theories of caus-
ation, according to which X is a cause of Y if, and only
if, X is an INUS condition of Y (see INUS definition
above) [11, 24]. CCMs study implication hypotheses that
link specific values of variables as “X = x; is (non-redun-
dantly) sufficient/necessary for Y = y;” [11, 14]. In this
way, CCMs, including CNA, model the effect of condi-
tions (e.g., high degree of X) on outcomes. This is a fun-
damentally different vantage point than the one adopted
by RAMs which examine covariation hypotheses that
link variables. Further, CCMs are case-oriented methods,
in which observations consist of bounded, complex en-
tities (e.g., organizations) that are considered as a whole
[32]. A case-based unit of analysis differs from the ap-
proach taken in RAMs, where cases are deconstructed
into a series of variables, and estimates represent the net
effect of a variable for the average case. As CNA and
other CCMs employ a case-based approach and thus can
be used to identify which interventions work in an array
of contexts, they present opportunities for implementa-
tion and health services research questions in particular.

Different types of CCMs

While CCMs have a common regularity theoretic foun-
dation, different CCMs rely on different a priori concep-
tions of outcome and causal factors and build causal
models in different ways. For example, Qualitative Com-
parative Analysis (QCA), in its standard implementation
that uses the Quine-McCluskey (QMC) algorithm [33,
34] requires identification of exactly one factor as out-
come. It begins by identifying maximal sufficient and ne-
cessary conditions of the outcome, which are
subsequently minimized using standard inference rules
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from Boolean algebra to arrive at a redundancy-free so-
lution composed of INUS conditions of the outcome
[10]. However, the QMC algorithm was not originally
designed for causal inference. One consequence is that
the non-observation of cases instantiating empirically
possible configurations of the analyzed factors, also
known as limited diversity, forces QMC to draw on
counterfactual reasoning that goes beyond available data,
sometimes requires assumptions contradicting the very
causal structures under investigation [35], and regularly
fails to completely eliminate redundancies in the pres-
ence of noise [14]. Moreover, QMC has built-in proto-
cols for ambiguity reduction when multiple models fit
the data equally well. Viable models are often eliminated
to reduce ambiguity without justification, which is prob-
lematic for causal discovery [36].

Advantages of using CNA

Coincidence Analysis (CNA) is a new addition to the
family of CCMs [37, 38]. It uses an algorithm specifically
designed for causal inference, thus avoiding the prob-
lems mentioned above. In particular, it does not build
causal models by means of a top-down approach that
first searches for maximal sufficient and necessary con-
ditions and then gradually minimizes them using the
QMC algorithm. Rather, CNA employs a bottom-up ap-
proach that first tests single factor values for sufficiency
and necessity, and then tests combinations of two, three,
etc. [13, 14]. All sufficient and necessary conditions re-
vealed by this approach are automatically minimal and
redundancy-free.

Additionally, CNA is designed to treat any number of
factors as endogenous and is therefore capable of analyz-
ing causal chains, or common-cause structures [39]. For
example, Baumgartner and Epple (2014) found in a
Swiss policy analysis that certain population, economic,
or political characteristics in some areas led to a higher
rate of prejudice and, in turn, discriminatory policy [39].
Analyzing causal chains may be advantageous if, for ex-
ample, an intervention A occurs as a result of other fac-
tors but is not the ultimate outcome of interest.
Identifying the full causal model, including which factors
produce A on the path to the ultimate outcome of inter-
est, is valuable when seeking to understand causal com-
plexity. CNA is the only member of the CCM family
that builds and evaluates models representing causal
chains.

Part 2: demonstrating CNA using publicly
available data

Data source

In March 2016, Rehn and colleagues reported the impact
of implementation strategies on human papillomavirus
(HPV) “catch-up vaccination” uptake in Sweden among
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fifth- and sixth-grade girls [40]. The purpose of the ori-
ginal study was to estimate the impact of various infor-
mation channels and delivery settings on county-level
catch-up vaccine uptake to inform future vaccination
campaigns in Sweden.

The authors obtained county-level data on catch-up
vaccinations and the eligible population from adminis-
trative data. They collected implementation strategies
from county health care offices via an open-ended ques-
tionnaire emailed in 2012 asking respondents to list and
describe “information channels” used to reach eligible
girls and the settings in which they offered the vaccine.
A subsequent phone interview was conducted in 2014 to
update the lists.

Rehn and colleagues used regression analysis to esti-
mate county-level catch-up vaccine uptake as a function
of information channels and delivery settings. The au-
thors concluded that the availability of vaccines in
schools explained differences in county-level vaccine up-
take; no information channels were found to make a dif-
ference in uptake.

Rehn and colleagues defined the outcome and pre-
dictor variables as follows:

Outcome variable: County-level catch-up vaccine up-
take was defined as the percent of eligible girls born be-
tween 1993 and 1998 who received at least one dose of
vaccine by 2014.

Predictor variables: Ten variables represented informa-
tion channels and four variables represented the delivery
settings where the vaccinations were available (some
schools, all schools, primary health care centers, and
other health care centers). All 14 factors were dichoto-
mized with values of 1 (present) or 0 (absent).

All county-level data on vaccine uptake, information
channels, and delivery settings used for the CNA illus-
tration were reported in the article.

Methods

We re-analyzed the data using CNA. A step-by-step
guide for conducting CNA, using this study as an illus-
tration, is provided in a document accompanying this
article (see Additional file 1) as well as the analytic data-
set (see Additional file 2) and the R script (see Add-
itional file 3) used in the analysis.

Step 1: define, calibrate, and select the factors (i.e.,
outcomes and conditions) to create a data set
Vaccination rate represented the outcome of interest
and ranged from 49 to 84% across the 21 counties. We
selected 65% as the threshold defining “high” catch-up
vaccination rates after conducting sensitivity analyses in
which we varied the threshold for “high-uptake,” using
two different existing break points in the data: the 65%
cut-off generated the greatest diversity among cases for
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the conditions and the outcome and yielded a suffi-
ciently high number of cases featuring the outcome. We
coded the 21 counties into a new dichotomous outcome
called HI_UPTAKE where 1 = “catch-up vaccination rate
of 65% or higher” and 0 = “catch-up vaccination rate less
than 65%” (see Additional file 1 for details on the ration-
ale for each step in the analytic process). A secondary
analysis identified conditions leading to the absence of
the outcome (HI_UPTAKE = 0) because conditions that
prevent the outcome may differ from those that contrib-
ute to the presence of the outcome.

We prepared a dataset that included the uptake rates,
delivery settings, and implementation strategies as re-
ported by Rehn and colleagues (see Additional file 2 to
view the analytic dataset used in the Coincidence Ana-
lysis). We transformed a number of factors from the ori-
ginal dataset for use with CNA because in the original
dataset these factors had characteristics unsuitable for
CCM processing. For instance, the original data set con-
tained the factor “Primary health care centre” (PHC) that
was constantly present in all 21 counties (cases). Con-
stant factors like PHC can be automatically excluded as
difference-makers. Another delivery setting, “Other
health care center” (HC) was eliminated given limited
variation across cases. We combined “All schools” (“or-
ganized delivery of the vaccine in all schools in the
county;” AS = 1) and “Some schools” (“organized deliv-
ery of the vaccine in schools in some of the municipal-
ities in the county..;” SS = 1) into a new multi-value
ordinal factor called “SCHOOLS,” where SCHOOLS = 0
if AS = 0 and SS = 0; SCHOOLS = 1if SS = 1 and AS =
0; and SCHOOLS = 2 if AS = 1. The resulting dataset
included 12 potential explanatory factors. These factors
could be combined into 6144 logically possible configu-
rations, which could not be covered to an informative
degree by the 21 cases included. Thus, the diversity
index for the original data, i.e., the ratio of observed con-
figurations to all possible configurations, was exceedingly
small. The smaller the diversity index, the more challen-
ging it is to draw informative configurational conclu-
sions. To improve the diversity index, we included a
subset of the 12 exogenous factors in our analysis. This
is analogous to maximizing degrees of freedom in RAM.

We selected schools (SCHOOLS) and four of the ten
information channels to include school-based informa-
tion (SBI), media coverage (MC), social media (SM), and
Cinema commercial/YouTube (CCY). Our rationale for
choosing these four implementation strategies was that
they were directly linked to school and digital media,
two immersive domains that are dynamic and interactive
where students and their parents commonly encounter
new information, and thus likely to be effective channels
for conveying information about why, where, how, and
when to access vaccinations
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In our initial analysis plan, three of the seven cases
(counties) exhibiting the outcome (high uptake) instanti-
ated exactly the same configuration of conditions, leav-
ing only five observed configurations featuring HI_
UPTAKE = 1 out of a total of 48 logically possible con-
figurations. As we could not justify removing one of the
four selected information channels on a theoretical basis
alone, but still wanted to decrease the number of overall
factors in the analytic dataset (and thus increase the di-
versity index), we decided to assess if we could combine
two of the information channels into a single “meta-fac-
tor"—a common approach in CCMs to reduce the num-
ber of conditions without eliminating either of the
properties represented by these conditions from the ana-
lysis. There are six possible ways to pair four different
information channels. Accordingly, we created six differ-
ent datasets (i.e., analytic samples), each representing a
different pairing of two channels, the two remaining
channels and the outcome HI UPTAKE. We coded the
new meta-factor in each analytic sample with the value 1
if, and only if, at least one of the two aggregated chan-
nels was present in a county (to view these six datasets,
see Additional file 2).

Step 2: perform CNA using the cna package in R [13]

Two parameters of fit—consistency and coverage—pro-
vide insight into the strength of the dependence between
conditions and the outcome. Consistency, with a score
ranging from O to 1, measures the degree to which the
cases that instantiate a configuration or a whole model
also instantiate the outcome [10]. Low-consistency
values indicate that the dependence between conditions
or models and the outcome is far away from a strict
Boolean (deterministic) dependence. Coverage scores
range from 0 to 1 and represent the proportion of cases
with the outcome that also instantiate a particular con-
figuration or whole model. Coverage measures a given
configuration’s or model’s empirical importance based
on the available data [10]. When applying CNA to the
dataset, we set our minimum consistency and coverage
scores to 1.0 [10]. However, it is important to note that
CNA, and CCMs generally, risk overfitting model solu-
tions when searching for maximal consistency and
coverage thresholds, which can lead to false positives
[41]. For this reason, consistency and coverage thresh-
olds should only be set to 1 if researchers have strong
reasons to assume that the data quality is very high (i.e.,
low levels of noise and measurement error); if that can-
not be assumed, then researchers can apply a search
strategy that systematically varies consistency and cover-
age thresholds to measure fit-robustness, or the degree
to which a model solution agrees with other models
identified at different consistency and coverage thresh-
olds in the same dataset [42].
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Results

Step 3: interpret results and refine model inputs if
necessary

Like QCA, CNA encourages an iterative approach where
researchers can run analyses, interpret results, and re-
define model inputs before finalizing a model set [32].
As such, we discuss our interpretation of the findings as
our iterative analyses progress.

Our analyses produced model ambiguity, meaning that
the data were insufficient to determine exactly which
causal structure was operative. Of the six analytic sam-
ples, three datasets yielded a total of five causal models
for HI UPTAKE = 1, all of which featured maximal
consistency and coverage scores (see the R replication
script for a complete list of models). All models had the
following identical terms as part of their solution, where
“+” symbolizes the Boolean operator OR, “*” symbolizes
AND, and “<” expresses sufficiency and necessity:

wgen

SCHOOLS = 2 4+ SCHOOLS = 1+MC
= 1HI_UPTAKE = 1 (1)

The above expression (1) translates to “counties had
high catch-up vaccination rates if, and only if they of-
fered vaccination in all schools OR offered vaccination
in some (but not all) schools AND used a media cover-
age implementation strategy.” All five causal models
resulting from our analysis were supersets of (1), so we
concluded that the factor values contained in (1) were
causally relevant for high uptake. However, (1) was not a
complete model because it only achieved a consistency
score of 0.875 (i.e., only 87.5% of counties with this con-
figuration were high-uptake counties). Expression (1)
covers a county, Skéne, that exhibited the configuration
SCHOOLS =1 * MC = 1 but was not a high uptake.
The other counties with this configuration, SCHOOLS =
1 * MC = 1, were always associated with high uptake of
vaccines. Thus, other factors unique to Skane must be
missing from expression (1).

While our data were insufficient to identify the factors
that distinguished Skane from other counties with the
same configuration, the five complete models inferred by
CNA provided five possible explanations. Interestingly,
all five of these solution models combined SCHOOLS =
1 * MC = 1 with the absence of other information chan-
nels. Only when SCHOOLS =1 * MC = 1 was accom-
panied by SM = 0 or SBI = 0 or CCY = 0 was it
associated with high uptake with 100% consistency,
which could indicate these other information channels
produced a “backfiring” effect.

After further reviewing data for each county, we deter-
mined that the most plausible implementation strategy
to backfire was cinema commercials and/or YouTube.
Online media like YouTube can backfire because these

Page 6 of 10

open-source platforms contain unvalidated content that
can appear automatically through newsfeeds or adver-
tisements, potentially overriding legitimate health-
related information [43]. Furthermore, we observed a
negative relationship between the presence of CCY and
the vaccination rate outcome in the underlying dataset.
As Fig. 1 shows, the presence of CCY was relatively
well-represented in the overall dataset: 8 of the 21 cases
had CCY = 1. In 7 of these 8 cases, HI_ UPTAKE = 0.
The lone exception was the county of Jonkoping, where
the sufficient condition of SCHOOLS = 2 was also
present. For these reasons, we deemed the following
complete model to be the most plausible:

SCHOOLS = 2 4+ SCHOOLS = 1xMC
= 1xCCY = 0HI_.UPTAKE =1 (2)

Expression (2) translates to “counties had high catch-
up vaccination rates if, and only if they offered vaccin-
ation in all schools OR offered vaccination in some (but
not all) schools AND used a media coverage implemen-
tation strategy but not cinema commercials/YouTube.”
Expression (2) had perfect consistency and coverage
scores (1.0, respectively) and differentiated Skéne (a
county without high uptake) from high-uptake counties
that also had vaccinations available at some schools and
used media coverage. Figure 1 highlights the configura-
tions instantiating this model in the data.

Applying the same analytic approach to model the ab-
sence of the outcome yielded seven models for HI_UP-
TAKE = 0 such that six of these seven models had a
common core that corresponded exactly to the negation
of the core of the positive models:

SCHOOLS = 0 + SCHOOLS = 1+MC
— 0HI_UPTAKE = 0 (3)

Expression (3) translates to “counties had no high
catch-up vaccination rates if, and only if they did not
offer vaccination in all schools OR offered vaccination in
some (but not all) schools AND did not use a media
coverage implementation strategy.” Expression 3 exhib-
ited 1.0 consistency and 0.93 coverage. Taken together,
these results provide substantive evidence that media
coverage is relevant for differentiating counties with and
without high vaccination uptake, adding additional infor-
mation to the regression results of the original study.

Discussion

The results of this CNA indicate that, under specific
conditions, information channels made a difference for
high vaccination uptake. This contrasts with the results
of the regression analysis from the original study, which
concluded that information channels made no difference
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in increasing vaccination uptake. Our results imply that
the availability of vaccination in some schools is only
sufficient for high vaccination rates if media coverage is
employed and certain other communication channels
are not used. In other words, the data contain enough
evidence to infer that when vaccination is available at
some but not all schools, availability must be comple-
mented by media coverage to achieve high uptake. The
data do not contain enough evidence, however, to have
absolute certainty which communication channels
should be avoided. Even so, cinema commercials and/or
YouTube might be the most plausible information chan-
nel to avoid; YouTube in particular might backfire and
reduce vaccination rates as a result of unsolicited con-
tent that undermines county-sanctioned media coverage
on vaccines.

Closely examining data from individual cases (coun-
ties) corroborate the theory of some conditions backfir-
ing with respect to producing high vaccination uptake.
Jonkoping provided vaccination in all schools, but only
achieved vaccination uptake among 65% of eligible girls,
as opposed to over 80% uptake achieved in the three
other counties with vaccination availability at all schools.
Notably, Jonkoping used two communication channels
(CCY =1 and SM = 1) that were absent in the other
three counties (CCY = 0 and SM = 0).

In sum, the CNA results indicate that whenever vac-
cination is available at only some schools, media cover-
age make a difference for high uptake. Furthermore, the
common core of the resulting CNA models for HI_UP-
TAKE = 0 indicate that a lack of media coverage when
vaccinations are provided only in some schools make a
difference for lower vaccine uptake. By systematically
scrutinizing the configurations of implementation strat-
egies associated with high-uptake and low-uptake coun-
ties, CNA extends the conclusions drawn from Rehn
and colleagues’ regression model.

The data on vaccination uptake in Sweden do not
comprise multiple outcomes, and hence, CNA’s capacity
to uncover multi-outcome structures cannot be show-
cased with this example. Readers interested in multi-
outcome discovery with CNA are, instead, referred to
[39, 44], the first of which finds a causal chain and the
second a common-cause structure.

Our approach to setting consistency and coverage
thresholds in this study is consistent with the extant
CNA literature. Of note, however, is that ensemble strat-
egies have been newly proposed where consistency and
coverage thresholds are systematically varied across a
series of thresholds in order to measure “fit-robustness,”
the degree to which a specific model agrees with other
models identified at different consistency and coverage
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thresholds in the same dataset [42]. While ensemble ap-
proaches to setting consistency and coverage thresholds
are still nascent, they appear highly promising as analytic
strategies that can help mitigate the risk of overfitting
models [41].

Part 3: tips for practitioners

Recommendations for reporting analyses and results for
CCMs

Variation in reporting study design, analysis, and results
exists in previously published peer-reviewed CCM litera-
ture. To advance the methodological rigor with which
CCMs are applied, we offer recommendations for de-
scribing design, analysis, and results for CCMs. We also
provide additional material in Additional files 1 and 2
accompanying this article to allow for independent repli-
cation of these analyses and findings.

We suggest that future studies and publications apply-
ing CCMs (1) describe the rationale for using the CCM
(e.g., CNA), (2) describe the rationale for selecting which
factors (outcomes and conditions) to include in the ana-
lysis, (3) describe the process used to assign cases to fac-
tor values [45, 46] (e.g., high vaccination uptake), (4)
specify the software (and version) used for analysis; (5)
describe the iterative analyses used to refine factors (e.g.,
different approaches to calibration) and models (e.g.,
adding/dropping factors), (6) list the number of models
generated in each iteration of the analysis and identify
commonalities across models, (7) report consistency and
coverage thresholds for final models along with ranges
for models not part of the final model(s), and (8) de-
scribe the rationale for selecting the final model(s).

In this article, we used conceptual knowledge of HPV
vaccination uptake and the existence of variability across
cases to select the factors to include in the initial ana-
lysis. Given the structure of the data, we relied on the
original binary factor calibration for all but one factor
(SCHOOLS), which was calibrated as a multi-value or-
dinal factor. Moreover, to improve the diversity index,
we explored all mutually exclusive combinations of two
factors representing information channels into a single
factor. We analyzed six datasets using the cna package
in R [13]. Five models reached perfect consistency and
coverage and, thus, fit the data equally well. All models
exhibited a common core, which we reported as deter-
minate causal inference supported by our data. At the
same time, we acknowledge that the common core did
not amount to a complete causal model. Based on theor-
etical considerations, which we explicitly described, we
then selected one of five viable completions as the most
plausible overall model. We reported all relevant model
fit scores for our preferred model and provide additional
files with detailed descriptions of each step in the ana-
lytic process (see Additional file 1), the analytic dataset
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(see Additional file 2), and the R script (see Additional
file 3) to allow for independent replication and verifica-
tion of our results.

Limitations of CNA

CNA has several limitations of which implementation
researchers should be aware. First, although CNA sup-
ports causal inference, there are limitations to the extent
to which results may be generalized. Results can be con-
founded by unmeasured causes that are located on
causal paths to outcomes that do not go through any
measured factors. If the data cannot be assumed to be
homogenous in confounder distributions—meaning that
unmeasured factors do not affect all cases/configurations
equally—generalization becomes problematic given the
risk of over-interpreting the data or incorrectly inferring
a causal relationship. As with other CCMs, familiarity
with cases helps to evaluate generalizability—by, for ex-
ample, justifying that cases included in the analysis are
homogeneous with respect to potential confounders—
and to interpret solutions generated by mathematical
modeling. In the example dataset from Rehn and col-
leagues, it is possible a third factor may explain the
negative relationship between cinema commercials and/
or YouTube, for example. In this instance, researchers
can further explore the relationship between these fac-
tors and HPV vaccination uptake through qualitative in-
terviews or other methods to confirm findings.

Second, CCMs rarely uncover the data-generating
causal structures in full. Configurational data analyzed in
observational studies tend to be fragmented (i.e., exhibit
low diversity), so most logically possible combinations of
conditions are not present in the observed cases. Under
these circumstances, CCMs may reveal only portions of
the underlying causal structures. Thus, the fact that
some factor X is not contained in a CCM model must
not be taken to mean that X is causally irrelevant. Unless
there is reason to assume that the data are non-
fragmented, the absence of X from a model can only
mean that the data do not contain evidence for X’s rele-
vance (which is not the same as X’s irrelevance).

Conclusions

CNA offers new insights of potential high interest to im-
plementation researchers. We demonstrated the utility
of CNA using data previously analyzed with RAMs. The
authors of the original, RAM-based analysis indicated
that offering vaccination in schools increased county-
level vaccination uptake while no information channels
significantly increased vaccination uptake [40]. By con-
trast, CNA results indicated that under specific condi-
tions, information channels did make a difference for
high vaccination uptake. Specifically, our results imply
that higher vaccination rates are achieved by either (1)
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offering the vaccine in all schools or (2) offering the vac-
cine in some schools and using media coverage but not
certain other communication channels.

Compared to RAMs, CCMs have fundamentally differ-
ent methodological goals and search for different prop-
erties of causal structures. CCMs and RAMs answer
distinct types of questions. RAMs are useful for estimat-
ing the average influence of a specific variable on an out-
come while holding other variables constant. CCMs are
useful for identifying combinations of specific conditions
that may be on the same or different causal paths (ie.,
are minimally necessary or sufficient) to an outcome. Of
the two CCMs, CNA was built expressly for causal infer-
ence and can be used to uncover causal chains under-
lying the data [13, 14, 39].

CNA has the potential to offer implementation re-
searchers alternative and more nuanced knowledge
about causal relationships when examining complex in-
terventions in settings with interdependent or interre-
lated factors. In particular, CCMs are well-suited for
implementation and health services research questions
regarding the implementation of multifaceted interven-
tions in complex, real-world settings, the dynamics of
which can be influenced by many factors acting in
combination.

Supplementary Information
The online version contains supplementary material available at https://doi.
org/10.1186/513012-020-01070-3.

Additional file 1. Includes detailed descriptions of each step performed
in the Coincidence Analysis

Additional file 2. Provides the full analytic dataset used in this analysis
to allow for independent replication and verification of results

Additional file 3. Provides the complete R script used in this analysis to
support independent replication

Acknowledgements

The authors wish to thank the Regenstrief Institute for its pioneering role in
recent years in hosting and organizing seminars that allow interested health
researchers and implementation scientists to learn more about applying
Configurational Comparative Methods (including Coincidence Analysis) in
their work. Alrik Thiem gratefully acknowledges financial support from the
Swiss National Science Foundation, grant number PPOOP1_170442. Sarah
Birken's effort was supported by the National Center for Advancing
Translational Sciences, National Institutes of Health, through Grant
KL2TR002490. The content is solely the responsibility of the authors and
does not necessarily represent the official views of the NIH. Michael
Baumgartner gratefully acknowledges financial support from the Bergen
Research Foundation, grant number 811886.

Authors’ contributions

RGW, SB, NS, LD, and AS originated the idea for the project and convened
the full team of co-authors. RGW found the published dataset that we used
for secondary analysis. RGW, MB, and EJM took lead roles in conducting the
Coincidence Analysis. MB wrote the R script provided in Additional file 3.
RGW, SB, NS, LD, AS, MS, AT, DC, and EJM participated in a series of discus-
sions to review preliminary results from the Coincidence Analysis and pro-
vided direct feedback to inform ongoing analyses. RGW, SB, NS, LD, AS, MS,
AT, DC, and EJM participated in writing the sections of the main manuscript

Page 9 of 10

plus the step-by-step guide provided in Additional file 1, as well as editing
drafts. The authors read and approved the final manuscript.

Funding
This secondary analysis was conducted by the investigators without
additional funding.

Availability of data and materials

The full dataset used in this analysis along with detailed descriptions of each
step of the analysis and the R script are all available for review and
replication in additional files accompanying this article (see Additional files 1,
2, and 3). The original dataset is publicly available within the following open-
access article: Rehn M, Uhnoo |, Kihimann-Berenzon S, Wallensten A, Sparén
P, Netterlid E. Highest vaccine uptake after school-based delivery - a county-
level evaluation of the implementation strategies for HPV catch-up vaccination
in Sweden. PLoS One. 2016;11(3):e0149857. doi:10.1371/journal.pone.0149857.

Ethics approval and consent to participate
Not applicable

Consent for publication
Not applicable

Competing interests
The authors declare that they have no competing interests.

Author details

'Duke-Margolis Center for Health Policy, 100 Fuqua Drive, Box 90120,
Durham, NC 27708, USA. “Duke University School of Medicine, Department
of Population Health Sciences, 215 Morris Street, Durham, NC 27701, USA.
3Umversity of Bergen, Department of Philosophy, Postboks 7805, 5020
Bergen, Norway. “University of Lucerne, Frohburgstrasse 3, P.O. Box 4466,
6002 Lucerne, Switzerland. 5Department of Global Health, College of Public
Health, University of South Florida, 3802 Spectrum Boulevard, Tampa, FL
33612, USA. VA Ann Arbor Center for Clinical Management Research,
University of Michigan, North Campus Research Complex, 2800 Plymouth
Road, Building 18, Ann Arbor, MI 48109-2800, USA. "Center for Health
Services Research, Regenstrief Institute, 1101 West 10th Street, Indianapolis,
IN 46202, USA. 2Avalere Health, 1201 New York Avenue NW, Suite 1000,
Washington, DC 20005, USA. “Department of Implementation Science, Wake
Forest School of Medicine, 525@Vine Room 5219, Medical Center Boulevard,
Winston-Salem, NC 27157, USA.

Received: 12 August 2020 Accepted: 1 December 2020
Published online: 11 December 2020

References

1. Pfadenhauer LM, Gerhardus A, Mozygemba K, Lysdahl KB, Booth A,
Hofmann B, et al. Making sense of complexity in context and
implementation: the context and implementation of complex interventions
(CICN) framework. Implement Sci. 2017;12.

2. Council MR. A framework for development and evaluation of RCTs for

complex interventions to improve health; 2000.

database WoSCC. Philadelphia: Clarivate analytics; 2020.

Palinkas LA, Mendon SJ, Hamilton AB. Innovations in mixed methods

evaluations. Annu Rev Public Health. 2019;40:423-42.

5. Harris K, Kneale D, Lasserson TJ, McDonald VM, Grigg J, Thomas J. School-
based self-management interventions for asthma in children and
adolescents: a mixed methods systematic review. Cochrane Database Syst
Rev. 2019;1:CDO11651.

6. Rogal SS, Yakovchenko V, Morgan T, Bajaj JS, Gonzalez R, Park A, et al.
Getting to implementation: a protocol for a hybrid Il stepped wedge
cluster randomized evaluation of using data-driven implementation
strategies to improve cirrhosis care for veterans. Implement Sci. 2020;15(1):
92.

7. Bunger AC, Chuang E, Girth A, Lancaster KE, Gadel F, Himmeger M, et al.
Establishing cross-systems collaborations for implementation: protocol for a
longitudinal mixed methods study. Implement Sci. 2020;15(1):55.

8. Mendel P, Chen EK, Green HD, Armstrong C, Timbie JW, Kress AM, et al.
Pathways to medical home recognition: a qualitative comparative analysis
of the PCMH transformation process. Health Serv Res. 2018;53(4):2523-46.

& w


https://doi.org/10.1186/s13012-020-01070-3
https://doi.org/10.1186/s13012-020-01070-3
https://www.mysnf.ch/grants/grant.aspx?id=0b25a7fb-40e9-415c-bfa7-b1ba38f1d47b

Whitaker et al. Implementation Science

20.

21.

22.

23.

24.
25.
26.

27.

28.

29.

30.

31

32.

(2020) 15:108

Birken SA, Nilsen P, Cragun D. Configurational comparative methods. In:
Sarah A, Birken PN, editors. Handbook on implementation science.
Cheltenham: Edward Elgar Publishing; 2020. p. 569.

Thiem A. Conducting configurational comparative research with qualitative
comparative analysis: a hands-on tutorial for applied evaluation scholars
and practitioners. Am J Eval. 2017;38(3):420-33.

Rohlfing I, Zuber Cl. Check your truth conditions! Clarifying the relationship
between theories of causation and social science methods for causal
inference. Sociol Methods Res. 2019,0049124119826156.

Thiem A, Baumgartner M, Bol D. Still lost in translation! A correction of three
misunderstandings between configurational comparativists and regressional
analysts. Comp Pol Stud. 2016;49(6):742-74.

Ambtihl M, Baumgartner M, Epple R, Thiem A. Cna: causal modeling with
coincidence analysis; 2020.

Baumgartner M, Ambuhl M. Causal modeling with multi-value and fuzzy-set
coincidence analysis. Polit Sci Res Methods. 2020;8(3):526-42.

Miech E, Rattray N, Damush T. Necessary but not sufficient: a multimethod
study of the role of champions in heathcare-related implementation.
Implement Sci. 2020;15.

Cragun D, Rahm AK. Coincidence analysis: a methodology to identify
contextual conditions influencing implementation across multiple settings.
Implement Sci. 2019;14Proceedings from the 11th Annual Conference on
the Science of Dissemination and Implementation:27.

Birken S, Damschroder L, Miech E, Cragun D. Agenda for the 12th annual
conference on the science of dissemination and implementation. Arlington:
Dissemination and Implementation Conference; 2019.

Rahm AK, Cragun D, Hunter JE, Epstein MM, Lowery J, Lu CY, et al.
Implementing universal lynch syndrome screening (IMPULSS): protocol for a
multi-site study to identify strategies to implement, adapt, and sustain
genomic medicine programs in different organizational contexts. BMC
Health Serv Res. 2018;18.

Petrik AF, Green B, Schneider J, Miech EJ, Coury J, Retecki S, et al. Factors
influencing implementation of a colorectal cancer screening improvement
program in community health centers: an applied use of Configurational
comparative methods. J Gen Intern Med. 2020;35(Suppl 2):815-22.

Dy SM, Acton RM, Yuan CT, Hsu YJ, Lai AY, Marsteller J, et al. Association of
implementation and social network factors with patient safety culture in
medical homes: a coincidence analysis. J Patient Saf. 2020;21. epub ahead
of print.

Hickman SE, Miech EJ, Stump TE, Fowler NR, Unroe KT. Identifying the
implementation conditions associated with positive outcomes in a successful
nursing facility demonstration project. Gerontologist. 2020,60(8):1566-74.
Yakovchenko V, Miech EJ, Chinman MJ, Chartier M, Gonzalez R, Kirchner JE,
et al. Strategy configurations directly linked to higher hepatitis C virus
treatment starts an applied use of Configurational comparative methods.
Med Care. 2020,58(5):E31-E8.

Moret W, Lorenzetti L. Realistic expectations: exploring the sustainability of
graduation outcomes in a program for children affected by HIV in Kenya's
northern arid lands. Vulnerable Child You. 2020;15(4):356-67.

Mackie JL. The cement of the universe: a study of causation. Oxford:
Clarendon Press; 1974.

GraBhoff G, May M. Causal regularities. Paderborn: Mentis-Verlag; 2001. p.
85-114.

Baumgartner M. Regularity theories reassessed. Philosophia. 2008;36(3):327-
54.

Chuang E, Dill J, Morgan JC, Konrad TR. A configurational approach to the
relationship between high-performance work practices and frontline health
care worker outcomes. Health Serv Res. 2012;47(4):1460-81.
Sikorska-Simmons E. Linking resident satisfaction to staff perceptions of the
work environment in assisted living: a multilevel analysis. Gerontologist.
2006;46(5):590-8.

Suppes P. A probabilistic theory of causality: London: North-Holland Pub.
Co, 1970. p. 409-10.

Baumgartner M. Causation. In: Dirk Berg-Schlosser BB, Morlino L, editors. The
SAGE handbook of political science. 01. London: SAGE Publications; 2020. p.
305-21.

Woodward J. Making things happen: a theory of causal explanation. New
York: Oxford University Press, Inc; 2003.

Ragin CC. The dialogue of ideas and evidence in social research. The
comparative method: moving beyond qualitative and quantitative
strategies. Okland: University of California Press; 1987.

33.

34.

35.
36.

37.

38.

39.

40.

42.

43.

45.

46.

Page 10 of 10

Quine WV. On cores and prime implicants of truth functions. Am Math
Mon. 1959,66(9):755-60.

McCluskey EJ. Introduction tothe theory of switching circuits: McGraw-hill;
1965. p. 318.

Baumgartner M. Parsimony and causality. Qual Quant. 2015;49(2):839-56.
Baumgartner M, Thiem A. Model ambiguities in configurational comparative
research. Sociol Methods Res. 2017;46(4):954-87.

Baumgartner M. Uncovering deterministic causal structures: a Boolean
approach. Synthese. 2009;170(1):71-96.

Baumgartner M. Inferring causal complexity. Sociol Methods Res. 2009;38(1):
71-101.

Baumgartner M, Epple R. A coincidence analysis of a causal chain the Swiss
minaret vote. Sociol Methods Res. 2014;43(2):280-312.

Rehn M, Uhnoo |, Kuhimann-Berenzon S, Wallensten A, Sparen P, Netterlid
E. Highest vaccine uptake after school-based delivery - a county-level
evaluation of the implementation strategies for HPV catch-up vaccination in
Sweden. PLoS One. 2016;11(3):e0149857.

Arel-Bundock V. The double bind of qualitative comparative analysis. Sociol
Methods Res. 2019,0049124119882460.

Parkkinen V, Baumgartner M. Robustness and model selection in
configurational causal modeling. Sociol Methods Res. 2020. epub ahead of
print.

Moorhead SA, Hazlett DE, Harrison L, Carroll JK, Irwin A, Hoving C. A new
dimension of health care: systematic review of the uses, benefits, and
limitations of social media for health communication. J Med Internet Res.
2013;15(4):e85.

Haesebrouck T. Who follows whom? A coincidence analysis of military
action, public opinion and threats. J Peace Res. 2019;56(6):753-66.

Thiem A. Membership function sensitivity of descriptive statistics in fuzzy-set
relations. Int J Soc Res Method. 2014;17(6):625-42.

Verkuilen J. Assigning membership in a fuzzy set analysis. Sociol Methods
Res. 2005;33(4):462-96.

Publisher’s Note
Springer Nature remains neutral with regard to jurisdictional claims in
published maps and institutional affiliations.

Ready to submit your research? Choose BMC and benefit from:

e fast, convenient online submission

o thorough peer review by experienced researchers in your field

 rapid publication on acceptance

o support for research data, including large and complex data types

e gold Open Access which fosters wider collaboration and increased citations
e maximum visibility for your research: over 100M website views per year

K BMC

At BMC, research is always in progress.

Learn more biomedcentral.com/submissions




	Abstract
	Background
	Methods
	Results
	Conclusions

	Background
	Part 1: laying the theoretical foundation for CCMs
	Defining causal inference in CCMs
	Different types of CCMs
	Advantages of using CNA

	Part 2: demonstrating CNA using publicly available data
	Data source

	Methods
	Step 1: define, calibrate, and select the factors (i.e., outcomes and conditions) to create a data set
	Step 2: perform CNA using the cna package in R [13]

	Results
	Step 3: interpret results and refine model inputs if necessary

	Discussion
	Part 3: tips for practitioners
	Recommendations for reporting analyses and results for CCMs
	Limitations of CNA

	Conclusions
	Supplementary Information
	Acknowledgements
	Authors’ contributions
	Funding
	Availability of data and materials
	Ethics approval and consent to participate
	Consent for publication
	Competing interests
	Author details
	References
	Publisher’s Note

