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CASE REPORT

Pancreatic Lymphoepithelial Cyst: An Atypical Benign Pancreatic
Tumour
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ABSTRACT

Context Pancreatic lymphoepithelial cyst is a rare benign lesion that usually presents itself as an incidental radiological finding. Symptoms may
include abdominal pain, weight loss, nausea or compression of adjacent structures. The differential diagnosis includes most of the pancreatic
cystic lesions, even benign or malignant tumours. In most cases, for the final diagnosis fine needle aspiration or surgery can be required.
Case report We report a case of a giant PLC in a 43-years-old man with abdominal pain and weight loss. In this case, radical surgery was
considered a too difficult procedure and due to benignity of the tumour, conservative resection was elected. Conclusion Surgery can be the final
diagnosis test in case of PLC due to diagnostic uncertainty. Conservative resection can be a good option in case of complex resection, with a low

rate of postoperative complications and without risk of tumoral degeneration.

INTRODUCTION

Cystic lesions of the pancreas are divided into
pseudocysts (75-90%) and primary cystic lesions such as
serous cystadenoma, mucinous cystic neoplasm, papillary
cystic neoplasm, lesser retention cysts, real cysts including
lymphoepithelial cysts, and peripancreatic cysts. These
true real cysts correspond to 10-25% of cystic lesions of
the pancreas and 1% of pancreatic neoplasms [1-3].

The pancreatic lymphoepithelial cyst (PLC) is a rare
benign lesion of undetermined etiology that poses the
differential diagnosis with pseudocyst, teratoma (dermal
cyst), and other tumour lesions (serous cystadenoma and
mucinous). There are less than 200 PLC cases described
in the English literature worldwide [4]. Histologically, it
corresponds to a cyst with keratinous material and a wall
lined with stratified squamous epithelium surrounded by
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lymphoid tissue in which germinal centres are found [5].
Anecdotally, PLC with sebaceous glands of the pancreas
has been reported [6].

CASE REPORT

We report a case of a 43-years-old man with a history
of hiatal hernia, esophagitis grade II/IV and hepatitis A,
studied by epigastric and abdominal pain in the right upper
quadrant in the last three months with weight loss of 7-8
kg in the last year. A physical examination revealed pain in
the epigastrium and right upper quadrant with palpation
of a rounded mass at that level. Biochemistry showed
increased transaminases (AST=48 U/L, ALT=133 U/L,
GGT=1039 U/L, alkaline phosphatase=497 U/L). Hydatid
serology was negative. The CA 19.9 was 80.63 U/mL (range
0-37 U/mL) and the CT scan (Figure 1) revealed a round
hypodense lesion of 12.6 x 11.3 cm, with wall enhancement
and presence of halo and some calcification blades inside at
the level of pancreas head-body, neighbouring structures
being displaced. The MRI showed a lesion of 13 x 12 cm,
hyperintense on T2 and intermediate signal on T1 with
enhanced wall, presence of lineal images, rounded inside
with liquid content at the level of pancreas head-body.
Above said tests marked as first diagnostic option hydatid
cyst with differential diagnosis of cystic tumour (mucinous
cystic neoplasm/cystadenoma/cistoadenocarcinoma).
The size and the elevation of CA 19.9 aroused uncertainties
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Figure 1. Round lesion of 12.6 x 11.3 cm, hypodense with wall
enhancement and presence of halos and some calcification blades inside
at the level of head-body of the pancreas.

about the malignant nature of the tumour, which in
addition to the patient's symptoms advised the use of
surgical exploration and the rejection of endoscopic
ultrasound and fine needle aspiration. An encapsulated
mass of 15 cm with liquid content was found pending on
the head of the pancreas, infiltrating the mesenteric root.
The mass was punctured and 250 cc of yellowish milky
material was aspirated. Intra-operative biopsy of capsule
was taken, reported as possible PLC. Due to the infiltration
of the mesenteric root and the impossibility of complete
resection, a wide excision of capsule was decided (Figure
2), leaving an omentum flap in the bed of the cyst. The
postoperative course was uneventful and the patient was
discharged on the fifth postoperative day. The definitive
microscopic findings were (Figure 3) the solid fragments
received were composed by a dense fibrous tissue with
a variable thickness (mean 1.5 cm), an internal squamous
lining focally attenuated or denudated, and a rim of lymphoid
tissue arranged in a subepithelial band with occasional
formation of lymphoid follicles. The greasy content filling
the cyst was laminated keratin. Differential diagnostic was
made with dermoid cyst and epidermoid cyst, but the lack
of sebaceous or mucinous differentiation, as well as the
presence of typically lymphoid tissue provided evidence of
lymphoepithelial cyst. One year after surgery the patient was
asymptomatic and his laboratory parameters normalised.

DISCUSSION

Cystic lesions are divided into pancreatic pseudocysts
and cysts according to the presence or absence of epithelial
lining. True cysts, those with epithelial lining, account
for 10-25% of total amount of pancreatic cysts, and are
divided in congenital, acquired and neoplastic [7].

The lymphoepithelial cysts have been described in the
parotid gland, submandibular gland, lung, intrathoracic
region and especially in lateral neck, but rarely found in the
pancreatic location. Even though there are many theories
about its origin the fact is that it still remains unknown.
Nonehtless, the most accepted assumption is the one made

by Truong et al. [8], where it is argued that the injury arises
from metaplasia experiencing benign exclusion of ectopic
pancreatic tissue in a peri-pancreatic lymph node.

The PLC are more common in middle-aged men, with
a ratio of 4:1 and its main location is in peri-pancreatic
tissue followed by the head of the pancreas [3, 6, 9]. It
may be unilocular or multilocular (most often) and its
clinical symptoms are usually abdominal pain followed
by vomiting and weight loss. PLC could be either
asymptomatic or an incidental finding by image tests [10].
CT scan shows well-defined hypodense round lesions that
protrude on the surface of the pancreas and in MRI image
appears as hypointense on T1 and hyperintense on T2
[11]. The “cheerios-like” appearance in the MRI has been
reported and could help in the differential diagnosis [12].

The study of the material obtained by puncture guided
fine needle aspiration (FNA) would sometimes be enough
for a preoperative diagnosis of benign lesion, which would
exclude asymptomatic patients in need of surgery [13,
14], but the difficulty in differential diagnosis with FNA
and frequently elevated tumour markers in cyst fluid
(CEA and CA-19.9 with normal or elevated amylase) [15,
16], makes resection the most usual treatment, ranging
from enucleation of the lesion to partial pancreatectomy
(depending on the location). In very few cases, a non-
resective surgical procedure has been performed, but
given the intraoperative diagnosis of PLC and the need of
an extreme pancreatic resection we made the decision of
performing a partial resection and strict follow-up. PLC
presents a good outcome in the long term without evidence
of malignancy or recurrence after complete excision [17].
The long-term results with partial excision are scarce. In
a review of 117 cases by Mege et al. [4] only 26 (22%) of
them had a preoperative diagnosis of PLC, 25 patients by
FNA and 1 patient by MRI. 13 patients with preoperative
diagnosis of PLC were not operated on and had careful
clinical and biological follow-up. 104 patients underwent
surgery. Limited surgery was performed in 40 cases, and
large resection was performed in 56 cases. In case of limited
resection, no evidence of malignancy or reoperation has
been reported. However, if the malignant potential of the
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Figure 2. Cyst with wide resection of capsule.
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Figure 3. (a.). Gross appearance of the cystic lesion with a 1.5 cm thick wall and a smooth internal lining, once the greasy material was removed. The main
diameter of the mass was 8.5 cm and there was not pancreatic tissue surrounding the mass in the specimen. (b.). Wall of the lymphoepithelial cyst with a
squamous lining focally attenuated (right), and a subepithelial rim of lymphoid cells and follicles. (c.). Invaginated areas of epithelium filled with laminated
keratin (asterisk) close to pseudopapillary areas (arrow) composed by dense lymphoid tissue. (d.). Detail of squamous epithelium in an area with scattered

intraepithelial lymphocytes.

tumour cannot be ruled out despite exhaustive exploration
including FNA, pancreatic resection is necessary.

Conflict of Interest

The authors declare that they have no competing
interests.

References

1. Velasco FJ, Marquez BO, Loépez GJ, Becerra JM, Escobar H.
Lymphoephitelial cyst of the pancreas. Morphological characterization
and difficulties in radiologic diagnosis. Rev Esp Patol 2012; 45:105-8.

2. Lewandrowski KB, Southern JF, Pins MR, Compton CC, Warshaw
AL. Cyst fluid analysis in the differential diagnosis of pancreatic cysts.
A comparison of pseudocyst, serous cystadenomas, mucinous cystic
neoplasms and mucinous cystadenomacarcinoma. Ann Surg 1993;
217:41-7. [PMID: 8424699]

3. Barbaros U, Erbil Y, Kapran Y, Bozbora A, Ozarmagan S, Bilgi¢c B.
Lymphoepitelial cyst: a rare cystic tumor of the pancreas which mimics
carcinoma. ] Pancreas 2004; 5:392-4. [PMID: 15365210]

4. Mege D, Grégoire E, Barbier L, Del Grande ], Le Treut YP.
Lymphoepithelial cyst of the pancreas: an analysis of 117 patients.
Pancreas 2014; 43:987-95. [PMID: 25207659]

5. Adsay N, Hasteh F, Cheng ]D, Klimstra DS. Squamous-lined cyst of the
pancreas: lymphoepithelial cyst, dermoid cyst (teratomas) and accesory-splenic
epidermoid cyst. Semin Diagn Pathol 2000; 17:56-65. [PMID: 10721807]

6. Nakamura T, Osaka Y, Ishikawa S, Sako H, Akamatsu N, Yamamoto
Y, et al. Uncommon lymphoepitelial cyst with sebaceous glands of the
pancreas. ] Pancreas 2013; 14:632-5. [PMID: 24216549]

7. Othman M, Basturk O, Groisman G, Krasinskas A, Adsay NV. Squamoid
cyst of pancreatic ducts: A distinct type of cystic lesion in the pancreas.
Am ] Surg Pathol 2007; 31:291-7. [PMID: 17255775]

8. Truong LD, Rangdaeng S, Jordan PH Jr. Lymphoephitelial cyst of the
pancreas. Am ] Surg Pathol 1987; 11:899-903. [PMID: 3674287]

9. Adsay NV, Hasteh F, Cheng JD, Bejarano PA, Lauwers GY, Batts
KP, et al. Lymphoepithelial cysts of the pancreas: a report of 12
cases and a review of the literature. Mod Pathol 2002; 15:492-501.
[PMID: 12011254]

10. Boix ]. Pancreatic pseudocyst. Gastroenterologia Integrada 2000;
1:341-350.

11. Park MS, Kim KW, Lim JS, Lee JH, Kim JH, Kim SY, et al. Unusual cystic
neoplasms in the pancreas. Radiologic-pathologic correlation. ] Comput
Assist Tomogr 2005; 29:610-6. [PMID: 16163029]

12. Matrone A, Russo M, Mollica C, Lombardi D, Lombardi G, Maurea S, et
al. Lymphoepithelial pancreatic cyst: an atypical benign pancreatic mass
presenting with a “cheerios-like” appearance. ] Pancreas 2010; 11:170-2.
[PMID: 20208329]

13. Anagnostopoulus PV, Pipinos II, Rose WW, Elkus R. Lymphoepithelial
cyst in the pancreas: a case report and rewiew of the literature. Dig Surg
2000; 17:309-14. [PMID: 10867475]

14. Ahlawat SK. Lymphoepitelial cyst of the pancreas. Role of endoscopic
ultrasound guided fine needle aspiration. ] Pancreas 2008; 9:230-4.
[PMID: 18326936]

15. Centeno BA, Stockwell JW, Lewandrowski KB. Cyst fluid cytology and
chemical features in a case of lymphoepithelial cyst of the pancreas: A
rare and difficult preoperative diagnosis. Diagn Cytophatol 1999; 21:328-
30. [PMID: 10527479]

16. Policarpio-Nicolas ML, Shami VM, Kahaleh M, Adams RB, Mallery
S, Stanley MW, et al. Fine-needle aspiration cytology of pancreatic
lymphoepithelial cyst. Cancer 2006; 108:501-6. [PMID: 17063496]

17. Mandavilli SR, Port ], Ali SZ. Lymphoepithelial cyst (LEC) of the
pancreas: cytomorphology and differential diagnosis on fine-needle
aspiration (FNA). Diagn Cytophatol 1999; 20:371-4. [PMID: 10352910]

JOP. Journal of the Pancreas - http://pancreas.imedpub.com/ - Vol. 17 No. 2 - Mar 2016. [ISSN 1590-8577] 245


http://www.ncbi.nlm.nih.gov/pubmed/?term=Mege D%5BAuthor%5D&cauthor=true&cauthor_uid=25207659
http://www.ncbi.nlm.nih.gov/pubmed/?term=Gr%C3%A9goire E%5BAuthor%5D&cauthor=true&cauthor_uid=25207659
http://www.ncbi.nlm.nih.gov/pubmed/?term=Del Grande J%5BAuthor%5D&cauthor=true&cauthor_uid=25207659
http://www.ncbi.nlm.nih.gov/pubmed/?term=Le Treut YP%5BAuthor%5D&cauthor=true&cauthor_uid=25207659
http://www.ncbi.nlm.nih.gov/pubmed/?term=Mandavilli SR%5BAuthor%5D&cauthor=true&cauthor_uid=10352910
http://www.ncbi.nlm.nih.gov/pubmed/?term=Port J%5BAuthor%5D&cauthor=true&cauthor_uid=10352910
http://www.ncbi.nlm.nih.gov/pubmed/?term=Ali SZ%5BAuthor%5D&cauthor=true&cauthor_uid=10352910

	Bookmark 1

