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To the Editor

Gastrointestinal duplication cysts are rare congenital
anomalies that can arise most frequently in the ileum,
esophagus, colon, jejunum, and stomach [1,2]. Esophageal
duplication cysts (EDCs) represent only 0.5%—2.5% of all
esophageal masses, making them an exceedingly rare clin-
ical entity [3].

EDCs are cystic structures with a double-layered smooth
muscle wall. Ectopic gastric mucosa, present in 20%—-30%
of cases, may cause peptic ulceration, hemorrhage, and per-
foration [3—5]. Preoperative diagnosis remains challenging
when cysts present atypically, especially in acute settings
where imaging findings may mimic other acute abdominal
pathologies.

The most common symptoms were dysphagia, chest pain,
and weight loss [6]. Hematemesis and melena have been
described in cysts containing ectopic gastric mucosa, but
life-threatening acute hemorrhage and perforation have
been reported only in a handful of cases [5,7].

While most EDCs are diagnosed in younger adults with
chronic dysphagia or chest pain, life-threatening com-
plications such as massive hemorrhage and perforation
are exceedingly rare, particularly in elderly patients with
multiple comorbidities [5,7]. Such catastrophic presenta-
tions pose significant diagnostic and therapeutic challenges,
as emergency settings preclude comprehensive preopera-
tive workup and necessitate urgent surgical intervention.
Herein, we report an exceptionally rare case of an EDC in an
elderly patient who presented with acute abdomen, massive
intraperitoneal hemorrhage, and perforation, and was diag-
nosed after emergency wedge resection. The report adheres
to the SCARE 2023 guideline [8].

A 76-year-old male presented to an outside facility with a
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2-day history of epigastric pain, numbness in the hands and
feet, generalized weakness, and syncope. His medical his-
tory was significant for coronary artery disease (coronary
artery bypass grafting 10 years earlier), congestive heart
failure, hypertension, and a prior operation for a splenic cyst
approximately 30 years earlier. His medications included
acetylsalicylic acid, irbesartan, atorvastatin, carvedilol, and
vasodilator agents. He denied hematemesis, melena, or
hematochezia.

Non-contrast abdominal thoracoabdominopelvic computed
tomography (CT) at the referring center demonstrated a
12 cm intragastric lesion with central cystic-necrotic and
peripheral solid components, a hyperdense area consistent
with intracystic and intraluminal hemorrhage, and perihep-
atic, perisplenic, and pelvic free fluid, suggestive of in-
traperitoneal hemorrhage, prompting transfer to our insti-
tution for suspected gastrointestinal bleeding with possible
perforation.

On admission, he was hypotensive (blood pressure 95/53
mmHg), tachycardic (heart rate 130 beats/min), with a res-
piratory rate of 20/min and SpO; of 93%. The abdomen
was diffusely tender without guarding or rebound. Labora-
tory results showed C-reactive protein 150 mg/L, creatinine
1.55 mg/dL, leukocytes 16.75 x 103/uL, and hemoglobin
13.6 g/dL with a progressive hematocrit decline (43% —
39% — 36%), suggestive of ongoing hemorrhage.
Abdominal CT angiography revealed a 16 x 12 cm mass
originating from the gastroesophageal junction and extend-
ing into the gastric lumen markedly distending the stom-
ach, with a heterogeneous hyperdense collection consistent
with intracystic and intraluminal hemorrhage and no active
extravasation; the radiological impression was gastric car-
cinoma (Fig. 1). Upper gastrointestinal endoscopy demon-
strated normal esophageal mucosa and a friable intralumi-
nal mass with its base at the cardia-fundus region immedi-
ately below the gastroesophageal junction, extending along
the greater curvature of the gastric corpus, without active
bleeding.
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Fig. 1. Axial abdominal thoracoabdominopelvic computed tomography (CT) angiography images demonstrating a large intralu-
minal mass approximately 16 x 12 cm in size, markedly distending the gastric lumen, with an intraluminal hyperdense collection

consistent with hemorrhage. (A) Upper-level axial section showing the mass filling the gastric lumen. (B) Lower-level axial section

demonstrating the extent of the lesion.

Fig. 2. Gross specimen photographs. (A) Resected specimen measured with a ruler; approximately 28 cm in length, including surround-

ing gastric tissue, revealed an 18 x 11 x 7 cm cystic lesion adherent to the gastric wall with ulcerated and hemorrhagic areas. (B) Serosal

surface demonstrating cystic-ulcerated areas and hemorrhagic changes. (C) Close-up view of the cystic lesion with the perforation site

and hemorrhagic content.

Because of progressive hemodynamic instability, emer-
gency laparotomy was performed. Approximately 1.5-2
L of hemorrhagic fluid was evacuated from the peritoneal
cavity. Exploration revealed a large cystic lesion attached
to the gastric wall at the level of the gastroesophageal junc-
tion, with the bulk of the lesion extending into and distend-
ing the gastric corpus along the greater curvature. The cyst
was adherent to the gastric serosa with a perforation site
identified on the cyst wall. Wedge resection was performed
along the greater curvature using a linear stapler, and a sin-
gle abdominal drain was placed.
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Gross pathology of the 18 x 11 x 7 cm wedge specimen
revealed a cystic lesion adherent to the gastric wall with
ulcerated and hemorrhagic areas (Fig. 2). The cyst dimen-
sions correlated with the 16 x 12 cm lesion identified on
preoperative CT imaging. Microscopy showed a cyst adja-
cent to the gastroesophageal junction, lined by squamous
and mucinous columnar epithelium with pseudostratified
foci and intestinal metaplasia, bounded by a smooth muscle
layer. Active chronic ulcerative inflammation, inflamma-
tory granulation tissue, hyalinization, calcification, choles-
terol clefts, and hemorrhage were present within the cyst
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wall. The definitive diagnosis was esophageal duplication
cyst with active chronic ulcerative inflammation.
Postoperatively, the patient was monitored in the surgical
intensive care unit. On postoperative day 3, a methylene
blue leak test was negative, oral feeding was initiated and
gradually advanced, and the patient was discharged un-
eventfully on a regular diet.

EDCs are among the rarest congenital anomalies of the gas-
trointestinal tract. In the systematic review by Gonzalez-
Urquijo et al. [6], the mean age at diagnosis was 42.3 years,
the mean duration of symptoms was 17.3 months, and the
mean hospital stay was 8.6 days. Our patient, diagnosed
at 76, is among the oldest reported cases in the literature,
demonstrating that this rare entity can present even in the
elderly and that chronologic age should not a priori exclude
EDC from the differential diagnosis of an intragastric or
periesophageal mass.

The most exceptional feature of this case is the acute pre-
sentation with perforation, massive intra-abdominal hem-
orrhage, and hemodynamic instability. Imaging demon-
strated both intragastric hemorrhage and intraperitoneal
free fluid, while operative findings confirmed a dual hem-
orrhage pathway: bleeding from the ulcerated cyst wall ex-
tended both into the gastric lumen and through the per-
foration site into the peritoneal cavity, resulting in 1.5—
2 L hemoperitoneum. Although gastrointestinal bleed-
ing has been described in EDCs harboring ectopic gastric
mucosa—Cioffi et al. [9] emphasized peptic ulceration sec-
ondary to acid secretion and Chaudhry et al. [7] reported
sudden intracystic hemorrhage as a rare cause of acute
dysphagia—perforation with 1.5-2 L of free intraperitoneal
hemorrhagic fluid and shock is, to our knowledge, exceed-
ingly rare. This acute presentation also made preoperative
workup inevitably limited and rendered endoscopic ultra-
sound, the imaging gold standard for cyst wall characteri-
zation [10], unfeasible.

The pathological spectrum encountered—squamous, mu-
cinous columnar, and pseudostratified epithelia with in-
testinal metaplasia, along with granulation tissue, hyalin-
ization, calcification, and cholesterol clefts—suggests a
long-standing inflammatory process. Although gastric-type
mucosa was not definitively identified on histology, the
chronic ulcerative inflammation may reflect secretory ac-
tivity of the mucinous epithelium, consistent with ectopic
gastric mucosa reported in 20%—30% of EDCs [4,5]. In-
testinal metaplasia may reflect chronic mucosal adapta-
tion and, together with reports of malignant transformation
within EDCs, underscores the rationale for elective resec-
tion when EDCs are identified, even in asymptomatic pa-
tients [3-5].

Differential diagnosis among foregut duplication cysts was
essential given the intragastric location. The predominant
squamous epithelial lining, double-layered smooth muscle
wall, and absence of cartilage or bronchial glands estab-
lished the diagnosis of esophageal duplication cyst. Bron-

chogenic cysts contain cartilage and bronchial glands, while
gastric duplications are lined exclusively by gastric mucosa
[9]. The anatomical origin at the gastroesophageal junction
further confirmed esophageal rather than gastric origin.
Preoperative diagnosis of EDCs is notoriously challeng-
ing. On CT, typical EDCs appear as well-defined, homo-
geneous, low-density cystic masses; however, mucinous
fluid, hemorrhage, or proteinaceous content may produce
high attenuation and mimic a solid neoplasm [10]. In our
case, the combination of intracystic hemorrhage and an
atypical intragastric location led to a preoperative radiolog-
ical impression of gastric carcinoma. Although imaging
suggested an intragastric mass, microscopic examination
confirmed the cyst originated from the gastroesophageal
junction with extension into the gastric lumen, a pattern
typical of distal EDCs. The esophageal origin was estab-
lished by the predominantly squamous epithelial lining and
attachment at the gastroesophageal junction, distinguishing
it from gastric duplication. This diagnostic pitfall is well
recognized and highlights the importance of including du-
plication cysts in the differential diagnosis of complex intra-
abdominal masses, particularly when imaging features are
discordant with typical malignancy patterns.

Surgical excision is the mainstay of treatment for symp-
tomatic EDCs. In the systematic review by Gonzalez-
Urquijo et al. [6], 84.5% of patients underwent surgery, and
video-assisted thoracoscopic surgery was associated with
shorter hospital stays than thoracotomy. Minimally inva-
sive and robotic approaches are increasingly preferred for
elective cases and have been shown to offer comparable
oncologic and functional outcomes with reduced morbid-
ity [11]. However, in patients presenting with acute ab-
domen and hemodynamic instability, as in our case, emer-
gency laparotomy with wedge resection is the life-saving
approach. Stapled wedge resection along the greater cur-
vature achieved complete excision, avoided the need for
gastric or esophageal reconstruction, and was well tolerated
despite the patient’s comorbidities.

Advanced age (76 years) and significant comorbidities—
coronary artery disease, heart failure, and chronic an-
tiplatelet therapy—were additional risk factors in our pa-
tient. The use of acetylsalicylic acid may have contributed
to the magnitude of hemorrhage, and the cardiac and re-
nal reserves complicated perioperative fluid management.
Careful hemodynamic resuscitation and close postoperative
monitoring in the intensive care unit were essential to the
favorable outcome.

Although management of asymptomatic EDCs remains de-
bated, prophylactic excision has been recommended in fit
patients given the risks of hemorrhage, perforation, and
malignant transformation [3-5,11]. This case illustrates
the potential for catastrophic complications: a presumably
asymptomatic EDC presented decades later with a catas-
trophic perforation in an elderly patient with multiple co-
morbidities, a scenario that carries substantially higher pe-
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rioperative risk than elective resection. Limitations of this
report include the single-case design, the inability to per-
form EUS due to the emergency setting, the lack of a pre-
operative definitive diagnosis, and the absence of long-term
follow-up data.

Despite their rarity, esophageal duplication cysts can cause
life-threatening complications such as perforation and mas-
sive hemorrhage, even in elderly patients with significant
comorbidities. Preoperative diagnosis can be challenging
when atypical radiological features such as intracystic hem-
orrhage are present. EDCs should be considered in the
differential diagnosis of atypical intra-abdominal masses,
and emergency wedge resection may be a feasible option in
emergency settings. Prophylactic excision should be con-
sidered in asymptomatic cases to prevent potentially fatal
complications.
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