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INTRODUCTION:  Heterotopic  pancreas  is a rare congenital  anomaly.  We  report  a  case  of  esophageal
heterotopic  pancreas  complicated  by  recurrent  mediastinal  abscess  and  treated  by minimally  invasive
resection.
PRESENTATION  OF  CASE:  A  31-year-old  woman  was  admitted  with  a history  of recurrent  chest  pain,  dys-
phagia,  and  heartburn.  CT  scan  revealed  focal  confined  collection  in  the  lower  mediastinum  surrounding
esophagus.  Endoscopic  ultrasound  revealed  a  subepithelial  lesion.  The  patient  was  treated  by  minimally
invasive  esophagectomy  and  made  an  uneventful  postoperative  recovery.
sophageal neoplasms
sophagectomy
ancreatitis
ccessory pancreas

DISCUSSION:  The  management  of subepithelial  lesions  would  depend  on  their  size,  ability  to  exclude
other  etiologies  and  their associated  symptoms.  The  patient,  in  this  case,  was  obviously  symptomatic
and  accurate  differentiation  from  malignant  etiologies  could  not  be  accurately  made.
CONCLUSION:  Although  pancreatic  heterotopia  is rare,  it should  be  remembered  in the  differential  diag-
nosis  of  various  gastrointestinal  lesions.

© 2019  The  Author(s).  Published  by Elsevier  Ltd on behalf  of  IJS Publishing  Group  Ltd.  This  is  an  open
 artic
access

. Introduction

Heterotopic pancreas, also known as ectopic, or accessory pan-
reas, is defined as pancreatic tissue outside the normal pancreatic
arenchyma with a vascular and nerve supply separate from the
ancreas itself [1]. It is quite an unusual anomaly and often an inci-
ental asymptomatic finding with no clinical significance [2,3]. It

s thought that heterotopic pancreas derivatives from the primi-
ive foregut, during the separation of the pancreatic tissue buds
n the fetal development [4–6]. Most prevalent anatomic sites are
tomach, duodenum, and jejunum [2]. Few cases of esophageal
eterotopic pancreatic tissue have been reported [7–12].

Complications of the heterotopic pancreas are pancreatitis of
he heterotopic tissue, pseudocyst formation, abscess, endocrine
ysfunction, malignant degeneration, mechanical obstruction, and
leeding [4,6,13–15].
We report an exceedingly rare case of symptomatic esophageal
eterotopic pancreas appearing as recurrent mediastinal abscess,
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and treated as minimally invasive esophagectomy. The work has
been reported in line with the SCARE criteria [16].

2. Presentation of case

A 31-year-old black woman was  admitted with a history of
recurrent chest pain, dysphagia, and heartburn, no complaint of
fever or weight loss, and no significant past medical history. Patient
denied swallowing any foreign body. She denied alcohol consump-
tion. On admission, physical examination revealed normal sinus
rhythm, normal pulse and blood pressure, normal temperature, and
mild abdominal pain, without peritonitis. BMI: 22.1 kg/m2.

Lab results: Hgb: 14.4 g/dL; WBC: 9.3 × 103/�L; serum amy-
lase: 653 U/L; serum lipase: 544 U/L; liver enzymes were within
normal limits. CT scan revealed distal esophageal wall thickening
and focal confined collection with air in the lower mediastinum
surrounding esophagus, and pancreas showed neither parenchy-
mal  enlargement nor changes in density (Fig. 1). Endoscopy was

performed, showing reddish budging of the cardia mucosa with
purulent drainage orifice (Fig. 2). Endoscopic ultrasound revealed
a 31.5 × 9.1 mm subepithelial anechoic oval lesion in distal lateral
esophageal wall, 37 cm from incisors (Fig. 3). The fine-needle aspi-
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Fig. 1. Computed tomography. A and B: axial view, showing a confined collection with air
a  confined periesophageal collection, and distal esophageal wall thickening.

Fig. 2. Endoscopy. Endoscopy showed reddish budging of the cardia mucosa with
purulent drainage orifice.

Fig. 3. Endoscopic ultrasound. Endoscopic ultrasound showed a 31.5 × 9.1 mm
subepithelial anechoic oval lesion in distal lateral esophageal wall, 37 cm from
incisors.
 in the lower mediastinum surrounding esophagus. C and D: coronal view showing

ration punction revealed only a few epithelial cells. The patient was
treated with antibiotics and fasting, with the resolution of infection.

The main differential diagnoses of subepithelial esophageal
lesions are leiomyoma, lipoma, varices, neural tumors (i.e.,
schwannoma, neuroma, or neurofibroma), granular cell tumor,
inflammatory fibroid polyp, duplication cyst, lymphangioma, Brun-
ner’s gland hyperplasia, GIST, carcinoid, and metastatic carcinoma
[17]. After comprehensive imaging and repeated biopsies, the dif-
ferential diagnosis remained unclear, although age and subsequent
follow-up endoscopic ultrasound imaging argue for benign disease.

Along two-year follow-up, the patient had four readmissions
with a similar clinical presentation (Fig. 4), all of which were
treated with antibiotics and fasting. After infection resolution of
the last episode, the patient was submitted to a minimally invasive
McKeown esophagectomy (video 1) to avoid recurrence of symp-
toms. Surgery was carried out via right thoracoscopic approach
and laparoscopy by a team of specialized esophageal surgeons. The
patient was  positioned in the semi-prone position after induction
anesthesia and selective bronchial intubation. Esophageal dissec-
tion was somewhat challenging due to the surrounded fibrotic
tissue following repeated inflammation of adjacent structures. The
subepithelial lesion was not noted during surgery. A gastric tube
was made with a laparoscopic stapler, and a mechanical cervical
anastomosis was performed.

The patient made an uneventful postoperative recovery, being
discharged from hospital 10 days after surgery. Pathological
analysis of specimens revealed a heterotopic pancreatic tissue, con-
taining acini, ducts, without islet cells (Fig. 5).

After a two-year follow-up, the patient had no complaints, with
no recurrent symptoms.

3. Discussion

Esophageal heterotopic pancreas with recurrent inflammation
and abscess formation treated by minimally invasive esophagec-
tomy has not been previously reported. Lowry et al. [8] and
Takemura et al. [11] reported thoracoscopic resection of the het-
erotopic pancreas; and Gananadha et al. [7] and Garn et al. [18]

reported heterotopic pancreas laparoscopic resection in esopha-
gogastric junction, with partial fundoplication. All of these authors
performed either an extra-mucosal resection or only a short-
segment esophageal/esophagogastric junction resection.
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Fig. 4. Computed tomography. Along two-year follow-up, the patient presented four (A–D) episodes of mediastinal abscesses.
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ig. 5. Haematoxylin & eosin (HE) stained tissue section cut. Heterotopic pancreat
000  �m;  B: 200 �m; C and D: 200 �m.

In this case report, an extra-mucosal resection would be risky
ue to the high level of surrounded fibrotic tissue, besides the
act that the possibility for malignant lesion was not ruled out,
et unlikely. Also, short-segment distal esophageal resection may
e associated with severe gastroesophageal reflux [19]. Another

ssue associated with short-segment distal esophageal reconstruc-
ion is that an anastomosis would be placed in an intrathoracic
osition. If a mediastinal leak develops, the consequences may
e more devastating than those resulting from a cervical leak

19].

The management of subepithelial lesions would depend on their
ize, ability to exclude other etiologies, and their associated symp-
oms. The patient, in this case, was obviously symptomatic and
e composed of acini and ducts, with no islet cell, within an ulcerated cyst wall. A:

accurate differentiation from malignant etiologies could not be
accurately made. Endoscopic ultrasound is the most accurate study
to differentiate submucosal lesions, especially with ultrasound-
guided fine-needle aspiration [17]. In this case report, multiple
biopsy specimens were non-diagnostic, and imaging studies were
inconclusive, hindering preoperative diagnosis. Thus, both the
patient and the multidisciplinary team agreed on esophageal resec-
tion.
4. Conclusion

Heterotopic pancreas is an uncommon congenital anomaly.
While the majority of patients are asymptomatic, patients may
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how clinical complications such as inflammation and abscess.
e report a case of esophageal heterotopic pancreas compli-

ated by recurrent abscess treated by minimally invasive resection.
lthough pancreatic heterotopia is rare, it should be remem-
ered in the differential diagnosis of various gastrointestinal
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Appendix A. Supplementary data

Supplementary material related to this article can be found,
in the online version, at doi:https://doi.org/10.1016/j.ijscr.2019.09.
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