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Introduction

Cystic Lesions of the Pancreas (PCLs) were extremely rare. 
Today, PCLs are commonly seen due to the more frequent use 
of imaging methods such as Computed Tomography (CT) and 
Magnetic Resonance Imaging (MRI). The reported prevalence 
rate of PCLs varies from 0.7 % to 38% in the literature [1-3]. PCLs 
include a broad spectrum of lesions and can be categorized into 
neoplastic and nonneoplastic. They differ extensively in their 
clinical behavior, malignant potential, and prognosis. Therefore, 
proper diagnosis of pancreatic cystic lesions is very important, 
and physicians should be aware of the different types of cys-
tic lesions and their characteristics before treatment choice 
[1,2]. Pancreatic Lymphoepithelial Cysts (PLECs) are very rare, 
benign lesions of the pancreas, and no recurrence or malign 
transformation have been reported up to now. They are mostly 
detected incidentally during radiological examinations [4]. Al-
though there is an increased interest in preoperative diagnosis 
of PCLs, most cases are diagnosed after surgery [5]. Therefore, 
the confirmation for the diagnosis of PCLs inappropriate stage 

is very important. The preoperative diagnosis of these patients 
prevents the morbidity and mortality caused by the unneces-
sary surgical intervention [1,6,7]. We report a very rare case of 
the coexistence of pancreatic lymphoepithelial cyst and uroepi-
thelial carcinoma that is diagnosed postoperatively.

Case report

A 56-year-old man presented with hematuria. During so-
nographic imaging, there were multiple polypoid solid masses 
on the bladder wall. A solid mass measuring approximately 8 
cm located at the pancreatic tail was incidentally determined. 
The patient did not have any complaints related to the pancre-
atic lesion. Physical examination was unremarkable. In routine 
blood tests, Carbohydrate Antigen (CA 19-9) and Carcinoembry-
onic Antigen (CEA) levels were within normal limits. Contrast 
Enhanced Tomography (CECT) revealed a mass lesion with a 
diameter of 8 cm as a well-defined lesion with peripheral en-
hancement and small internal macroscopic fatty foci. There was 
no dilatation of the pancreatic canal or the common bile duct. 
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The lesion was not typical for pancreatic adenocarcinoma or is-
let cell tumor. There were polypoid enhancing masses on the 
bladder wall, one of which caused lobulation and angulation of 
the bladder wall that was consistent with wall/serosal invasion 
(Figure 1).

Figure 1: Computed tomography of the abdomen A. Mass at the 
pancreatic tail (arrows) B. Multiple polypoid masses on the bladder 
wall (Arrows).

As malignancy could not be ruled out, surgery of the pancre-
atic mass was planned. During exploration, the pancreatic mass 
could not be dissected from the splenic hilum and the splenic 
flexure of the colon. The lesion was completely resected with 
distal pancreatectomy, splenectomy, and segmental colectomy 
(Figure 2). Transurethral resection was performed for the blad-
der lesions. There were no postoperative complications and the 
patient was discharged on the fourth day.

Figure 2: Intraoperative and resection material view of the pancre-
atic mass. A. Intraoperative photography of the mass. B. Resection 
material (Spleen, colon, and pancreatic mass).

Histopathological examination revealed a cystic lesion lined 
by squamous epithelium with the presence of lymphoid tissue 
that formed lymphoid follicles in the subepithelial zone. There 
was sebaceous differentiation on the cyst wall. The findings 
consisted of pancreatic lymphoepithelial cyst (Figure 3). Histo-
pathological examination of the bladder mass was reported as 
low grade papillary uroepithelial carcinoma.

Discussion

The prevalence of PCLs has been increasing due to the de-
velopment and frequent use of imaging devices such as CT, 
Endoscopic Ultrasound (EUS). In clinical practice, proper preop-
erative diagnosis of these lesions is an important issue both to 
determine the prognosis of the disease and to avoid unneces-
sary surgical interventions, because the treatment and progno-
sis of each lesion are very different. Despite the increasing use 
of high-quality imaging studies and EUS guide biopsy; these le-

Figure 3: Histopathological examination revealed the lesion to be 
cystic lined by squamous epithelium with the presence of lymphoid 
tissue that formed lymphoid follicles in the subepithelial zone. A. 
Keratinizing squamous epithelium (white arrow) is separated from 
the pancreas by a band of lymphoid tissue. B. The lymphoid tissue 
in PLECs (black arrow) often forms a distinct band and creates the 
impression of a lymph node.

sions may not be properly diagnosed. Surgical resection can be 
considered for symptomatic PLECs or if the diagnosis remains 
uncertain and the suspicion of malignancy is high. PLECs are 
rare and benign lesions comprising approximately 0.5% of all 
PCLs. They occur predominantly in men in the 5th and 6th de-
cades of life. They range in size from 1.2 to 17 cm (mean size 4.6 
cm) and can arise in any part of the pancreas [2]. The most com-
mon locations are tail (43.5%), body (33.2%), and head (23.4%) 
of the pancreas, respectively [8]. Most of these PLECs are as-
ymptomatic until they reach large sizes. Abdominal pain and 
discomfort are the most common symptoms [2,8]. Although 
imaging and Fine Needle Aspiration Biopsy (FNAB) are useful 
tools for differential diagnosis, complete excision of the lesion 
may be necessary for accurate diagnosis [9].

The exact etiology of the PLECs is unknown. But various 
theories such as epithelial remnants in lymph nodes, a cystic 
transformation of pancreatic ducts with squamous metaplasia, 
displaced branchial cleft cysts that were fused with the pan-
creas during embryogenesis, or a form of teratoma have been 
proposed [2,10]. PLECs do not appear to be associated with au-
toimmune disorders, HIV infection, or lymphoma [1,5].

Macroscopically, they appear as uniformly bounded cysts 
with caseous or cheesy contents. In the microscopic examina-
tion, the cyst wall is lined by squamous epithelium, and a dense 
lymphoid tissue in the subepithelial zone that forms lymphoid 
follicles is typical. The lymphoid cells on the wall of the cyst are 
mostly mature T lymphocytes and B lymphocytes which form 
germinal centers. Sebaceous differentiation of the cyst is rare 
but mucinous cells can be seen. If sebaceous and mucinous 
components are dominant, then the accurate diagnosis is der-
moid cyst [2]. In our case, the cyst wall was lined by squamous 
epithelium with lymphoid follicles and there were a few scat-
tered sebaceous differentiation foci in the center. We think that 
this sebaceous differentiation focuses reported as a macroscop-
ic fatty component on CECT.

Pancreatic lymphoepithelial cysts are benign lesions and no 
recurrence or malign transformation has been reported up to 
now [4]. EUS is important in terms of determining the lesion 
characteristics as well as evaluating the cyst content and allow-
ing histological examination [5,7,8]. Some reports supporting 
that Contrast Enhanced Endoscopic Ultrasound (CEEUS) and 
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Fine Needle Aspiration Biopsy (FNAB) may be useful for preop-
erative differential diagnosis [7,11]. In a review recently report-
ed by Osiro and colleagues, it was mentioned that preoperative 
diagnosis of PLECs could be provided with 3D-CT scans, in-phase 
and out-of-phase magnetic resonance scans, and FNAB studies 
with the guidance of CEEUS [12]. EUS can also be used in the 
treatment of symptomatic or complicated PLECs [13]. In a small 
series including 6 patients published by Martin et al., surgical 
treatment was applied to all patients because mucinous cystic 
neoplasm could not be ruled out although CT, MRI, and EUS-
FNAB were used all together [14]. Groot et al., in a study of 29 
patients, demonstrated that only 7 (34%) patients could be di-
agnosed preoperatively and 22 (76%) patients were diagnosed 
after surgery, although EUS was performed in 19 (66%) patients 
and EUS-FNA was performed in 16 patients [8]. Even if CT, MRI, 
EUS-FNA, and cystic fluid analysis are performed, the differen-
tiation of mucinous cysts with PLECs is often difficult [8,14]. 
Nevertheless, the presence of basic features such as exophytic 
growth pattern, absence of pancreatic duct dilatation and his-
tological features specific to PLECs are findings in favor of PLECs 
[8]. Pancreatic lymphoepithelial cysts differ from mucinous 
neoplasms as they have low levels of CA 19-9, CEA, and low 
viscosity. Histopathologic examination of mucinous neoplasms 
does not include subepithelial lymphoid tissue. Lymphoepithe-
lial cysts do not show papillary changes and the mucinous cells 
are rare [15]. The diagnosis with fluid-based aspiration is doubt-
ful because there are only limited cases in the literature.

In the literature, bladder metastasis from pancreatic can-
cer has been reported very rarely [16,17]. In our patient, we 
thought that the pancreatic lesion was pancreatic carcinoma 
with bladder metastasis due to fact that the mass was seen 
both in the pancreas and bladder and the cystic component of 
the lesion was very small. If we considered this lesion as PLEC 
and diagnosed the case as PLEC preoperatively, surgical inter-
vention would be unnecessary. We strongly believe that in as-
ymptomatic cases who are diagnosed as PLECs preoperatively, 
close follow-up is the best choice instead of major surgical inter-
vention. Although there is increased interest in preoperative di-
agnosis of PLECs, most cases are diagnosed after surgery [8,14].

Conclusion

In conclusion, PLECs are very rare lesions in the pancreas, 
PLECs with accompanying uroepithelial carcinoma is extremely 
rare in the literature. Complete excision and pathological exam-
ination are still a valid approach in symptomatic cases or case 
of suspected malignancy. We report this case because of the 
coexistence of PLECs and uroepithelial carcinoma is an unusual 
finding.
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