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ABSTRACT

Esophageal Duplication Cysts (EDC) are rare in adults, < 7% are symptomatic. About 90% do not communicate with the esophageal lumen.
Majority occur in the lower one-third of the esophagus. Minimally invasive surgery is the preferred treatment, with shorter hospital stays. [1,2] A
53-year gentleman with coronary artery disease (CAD), presenting with retrosternal chest pain, was found to have a soft tissue lesion arising from
the right wall of the mid - esophagus on Computed tomography (CT) scan. Endoscopic ultrasonography (EUS) confirmed features of EDC. The
cyst was excised by Video Assisted Thoracoscopic Surgery (VATS). Patient had an uneventful recovery. Histopathology confirmed EDC.
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INTRODUCTION

Esophageal Duplication cysts (EDC) are a rare entity, with most
literature consisting of case reports or small case series [1]. Areview of
almost 50,000 autopsies revealed an incidence of oesophageal
duplication cyst of 1 in 8200, with 60% occurring in the lower third
oesophagus, 17% in middle third, and 23% in upper third [2]. There is a
male predominance in a ratio of 2: 1, and duplication cyst has been
associated with congenital abnormalities such as small intestinal
duplication cyst, oesophageal atresia, and spinal abnormalities [3].
Although the majority of adults are asymptomatic, presenting
symptoms include progressive dysphagia to solids and liquids,
epigastric or abdominal pain, and retrosternal chest discomfort [4-8].

Case Study

A 53-year gentleman, post coronary angioplasty in 2017, presented
with complaints of retrosternal pain. Routine blood and cardiac
evaluations were normal. CT scan thorax revealed a surprise finding of
a well circumscribed lobulated soft tissue lesion arising from the right
lateral wall of the mid esophagus with exophytic extension indenting
the esophagus. [Fig. 1] Endoscopy revealed an extrinsic impression on
esophagus. Endoscopic ultrasonography (EUS) revealed classical
features of an EDC. [Fig.2]

Fig. 2 EUS image a. Hyperechoic epithelial lining containing
mucosa (Solid arrow) b. Hypoechoic smooth muscle (thin arrow)

The patient underwent Video assisted thoracoscopic surgery (VATS)

excision of the cyst. With the patient in right semi prone position, the
10 mm camera port was placed in the 9" intercostal space (ICS), with
working ports of 10mm in the 7" ICS and Smm in the 11" ICS. [Fig.3]

Fig. 3 Port placement

A cystic lesion of approximately 4 cm x 4cm was identified on the right
wall of mid-esophagus. [Fig. 4] The cyst was excised using ultrasonic
scalpel. After confirmation of the esophageal mucosal integrity, the
edges of the muscular layers of the esophagus were apposed with
sutures of Polyglactin-910 to avoid a pseudodiverticulum.

Fig. 4 Intra-operative image a. EDC (white arrow) b. Esophagus
(black arrow)

The post operative course was uneventful and patient was discharged
on 4" post — operative day (POD) on semi solid diet and full diet
resumed on 7" POD. The patient is doing well in the subsequent post
operative follow up. Histopathology confirmed features of an EDC.

DISCUSSION

During the fifth to eight weeks of fetal life, the esophageal lumen gets
obliterated due to epithelial growth. Esophageal secretions form into
vacuoles, whose persistence form EDC. Right sided preponderance of
EDC occurs because of the elongation of the viscera and dextrorotation
of the stomach [1]. EDCs constitute around 20% of all the
gastrointestinal duplication cysts, only 15% to 20% occur in adults.
Lower esophagus is the commonest site. Palmer's pathologic criteria
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for an EDC are: a) The lesion should be within or attached to
esophageal wall, b) There should be two layers of smooth muscle
(inner circular, outer longitudinal) and ¢) The cyst wall lining should
contain ciliated or ciliated columnar epithelium.[3]. Heterotopic
gastric/pancreatic mucosae have been reported in some cases.

Differential diagnoses include bronchogenic cysts, leiomyoma, GIST,
pericardial cysts, cystic degeneration of mediastinal tumors, etc. [4]
Majority of adults are asymptomatic, incidentally detected during
routine radiological investigations. Presenting symptoms include
progressive dysphagia to solids and liquids, epigastric or abdominal
pain, and retrosternal chest discomfort [2, 5].

CT scan, the most commonly used imaging, shows a thick-walled
complex/simple smooth cystic structure with fluid within.[6]
Magnetic resonance imaging (MRI) is helpful to delineate anatomic
relationships and rule out other abnormalities, like GIST or
leiomyomas. High signal intensity on T2-weighted images is seen due
to the high proportion of water within the cyst contents.[6] On
endoscopy, esophageal luminal narrowing or extrinsic compression
can be seen. EUS demonstrates smooth, homogenous, hypoechoic
periesophageal multi-layered wall mass with muscularis propria of the
esophagus in direct contact with the cyst wall. [7] Besides helping in
differential diagnosis of masses in the mediastinum, it helps in
identifying the presence of luminal communications between the cyst
and esophagus, taking biopsies, or emptying the cyst, in selected cases.
Surgical excision of the EDC is the mainstay treatment. Prognosis is
very good, recurrence is rare. More recently, VATS or robotic assisted
thoracoscopic surgery (RATS) are preferred over the traditional
posterolateral thoracotomy, with better cosmetic outcomes and shorter
post operative hospital stays.[8] In asymptomatic cases, surgery is still
advised to prevent complications like compression of the esophagus,
aspiration, bleeding, ulceration, perforation, due to heterotopic gastric/
pancreatic mucosa in the cyst, butno clear guidelines exist.[1]

CONCLUSIONS

This case report is about the rare adult EDC in a post angioplasty
patient presenting with symptoms mimicking coronary artery disease
with compression of the esophagus. The patient underwent excision of
the EDC by VATS, the current preferred modality, with an uneventful
recovery and early discharge from the hospital.

REFERENCES:

1. Ching Yeung, Blair MacDonald, Sebastien Gilbert. Esophageal Duplication Cyst. In:
Yeo, Charles J., editor. Shackelford's surgery of the alimentary tract. 8th ed.
Philadelphia, PA: Elsevier, 2019.

2. Mauricio Gonzalez-Urquijo , David Eugenio Hinojosa-Gonzalez , Diana Paola Padilla -
Armendariz, et al. Esophageal Duplication Cysts in 97 Adult Patients: A Systematic
Review. World J Surg 2022 Jan;46(1):154-162. DOI: 10.1007/s00268-021-06325-8.

3. Martin, N.D., Kim, J.C., Verma, S.K. et al. Intra-abdominal Esophageal Duplication
Cysts: AReview. J Gastrointest Surg 11,773-777 (2007).

4. Giimiis M, Onder A, Firat U, Kapan M, Onder H, Girgin S. Hydatid cyst — like intra —
abdominal esophageal duplication cyst in an endemic region. Turk J Gastroenterol. 2011
Oct; 22(5):557-8.

5. SonthaliaN, Jain SS, Surude RG, et al. Congenital Esophageal Duplication Cyst: A Rare
Cause of Dysphagia in an Adult. Gastroenterology Res 2016;9: 79— 82.

6. Wahi JE, Safdie FM. Esophageal Duplication cysts: a clinical practice review.
Mediastinum 2023 Jan 25;7: 1. DOI: 10.21037/med-22-33

7. LiuR,Adler DG. Duplication cysts: Diagnosis, management, and the role of endoscopic
ultrasound. Endosc Ultrasound 2014; 3: 152 —60.

8. V. Parshin, S. Osminin, R. Komarov, S. Vetshev, Y. Strakhov, I. Ivashov. Rare diseases of
esophagus: Surgical treatment of cysts in adults. Case report. International Journal of
Surgery Case Reports. 81(2021) 105732.

| 12 |—| International Journal of Scientific Research I




