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Central Message

Takotsubo syndrome gains relevance in adult

congenital heart disease.

See Article page e107.
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In this issue of the Journal, Oreto and colleagues1 describe a
case report of an adult femalewith a diagnosis of pulmonary
atresia with a ventricular septal defect (VSD) who had un-
dergone a series of unifocalization procedures earlier in
life, followed by a VSD repair, pulmonary homograft place-
ment, and an ascending aortic replacement. Interestingly,
this patient underwent closure of her VSD rather late, at
the age of 35 years. She represents the first reported patient
with the specific diagnosis to present with the rather obscure
Takotsubo syndrome (TS).

Oreto and colleagues1 aptly depict the 7 recent criteria for
TS by the European Cardiology Society.2 The syndrome
consists of wall motion abnormalities, often triggered by
emotional stress but without any evident coronary disease.
Furthermore, there is usually complete resolution of left
ventricular function with time. A recent retrospective anal-
ysis of 6470 critically ill patients admitted to the intensive
care unit (ICU) in Sweden from 2012 to 2015, however,
showed that 467 had left ventricular dysfunction, among
whom 59 fulfilled TS criteria.3 Although these were all pa-
tients who were initially in hemodynamically unstable con-
dition, the patients with TS were noted to use more ICU
resources, have longer ICU stays, and have higher mortality
than the ICU patients without TS. For a condition that seems
transient in nature, these are certainly noteworthy and con-
cerning findings.

It is interesting that this current report represents the
fourth reported case of TS in adult congenital heart disease,
with the first case being reported as recently as 2016. This
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may be a consequence of the emerging adult congenital car-
diac population as survival increases, but it also may repre-
sent significant underreporting of TS in this population. The
adult congenital cardiac population may represent a unique
group perhaps more prone to TS because of longstanding
myocardial exposure to either cyanosis or overcircula-
tion—both of which may have been present in this patient,
who had a VSD for 35 years.
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