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CASE REPORT

An Unusual Case of a Coexistent Serous Cystadenoma and
Intraductal Papillary Mucinous Neoplasm of Pancreas.
EUS to the Rescue!
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ABSTRACT
Context Synchronous cystic neoplasms of pancreas are a highly rare occurrence. Case report We report a very rare case of
coexistent serous cystadenoma and multi-side branch intraductal papillary mucinous neoplasm (IPMN). Conclusion To our
knowledge, there has been only one previous case report in the literature of a synchronous serous cystadenoma and a solitary IPMN
lesion. This case report is intended to increase the awareness of this condition while alluding to the need for diligent examination by
endosonographers. It also highlights the clinical impact of endosonography on the diagnosis and management of cystic legions in the

pancreas.

INTRODUCTION

Cystic neoplasms of the pancreas have been well
described and recognized pathologic entities. These
include intraductal papillary mucinous neoplasms
(IPMN), mucinous cystic neoplasm and other solid and
cystic tumors of the pancreas which have malignant
potential. On the other end of the spectrum of
pancreatic cystic lesions are the serous cystadenoma
which are generally regarded as benign without any
malignant potential.

Serous cystadenomas generally are solitary cystic
lesions. There has been rare reported association
between the serous cystadenoma and pancreatic
endocrine tumors, pancreatic ductal carcinoma, and
other pancreatic disorders including chronic
pancreatitis [1, 2, 3,4, 5,6,7, 8,9, 10, 11, 12]. To our
knowledge, only one previous case report of concurrent
occurrence of serous cystadenoma and solitary IPMN
lesion has been reported in the literature [13]. We
report this very unusual case of coexistent serous
cystadenoma and multi-side branch IPMN.
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CASE REPORT

A 63-year-old white male presented with six-week
history of intermittent, mild, right flank discomfort. His
past medical and surgical history was unremarkable.
He denied significant alcohol consumption. His
physical examination apart from moderate obesity was
unremarkable. A Dbiphasic CT scan of abdomen
performed for evaluation of pain revealed a 2 cm water
density lesion located in the posterior pancreatic tail
(Figure 1). His serum CA 19-9 and serum amylase
levels were normal. He was referred to us for further
evaluation of incidentally found pancreatic cystic

Figure 1. Axial CT image showing a mixed attenuation, well
circumscribed lesion at the tip of pancreatic tail.
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Figure 2. Endosonographic image displaying coexistent IPMN
(arrow-head) and microcystic serous cystadenoma (arrow).

lesion. He underwent endoscopic ultrasound (EUS)
which revealed three cysts ranging in size from 4 mm
to 10 mm in pancreas body (which were not identified
on CT) and a multi-loculated cystic lesion measuring
2.1x1.4 cm (lesion #l)located in the pancreas tail
(corroborating the CT findings). The main pancreatic
duct caliber was normal. The sonographic features
were suggestive of multi-side branch-IPMN (Figure 2,
arrowhead). Immediately inferior to the largest multi-
side branch-IPMN lesion and adjacent to the left
kidney, a well-circumscribed, more solid-appearing
lesion with anechoic (microcysts) intervening spaces
was seen (lesion #2) (Figure 2, arrow). This lesion was
not identified on his CT scan.

Lesion #2 measured 22 mm in the greatest diameter.
Based on sonographic features of lesion #2; a
differential diagnosis of likely serous cystadenoma
versus other cystic solid lesions (neuroendocrine
tumor) was rendered. An EUS guided fine needle
aspiration (EUS-FNA) using a 22 G needle of lesion #1
yielded 3 mL of clear viscous fluid with an elevated
CEA (203.7 ng/mL) and amylase (17,514 U/L) levels.
EUS-FNA cytology was consistent with IPMN. The
immediately inferior to the multi-side branch-IPMN
location of the lesion #2 precluded safe and
uncontaminated advancement of the FNA needle. A
subsequent distal pancreatectomy and splenectomy
confirmed synchronous microcystic serous
cystadenoma and multi-side branch-IPMN (Figure 3).
Patient remains asymptomatic at 18-month follow-up.

DISCUSSION

There have been multiple case reports of association
between serous cystadenoma and  pancreatic
neuroendocrine tumor [1, 2, 3, 4, 5, 6, 7, 8, 9, 10].
Concurrent occurrence of serous cystadenoma and
ductal adenocarcinoma, neuroendocrine carcinoma,
gastric carcinoma, various underlying pancreatic
conditions, has also been reported [11]. However, there
has only been one previous case report of combined
serous cystadenoma and IPMN [12]. Even though
patients with IPMN frequently have been associated
with extra-pancreatic and pancreatic tumors, serous
association of cystadenoma with concomitant
pancreatic neoplasm is a rare occurrence. Review of
literature reveals that approximately 25-32% of

patients with IPMN have associated extra-pancreatic
tumors which include colorectal, gastric, lung, breast
and cholangiocarcinoma [13]. Concomitant pancreatic
tumors like pancreatic ductal adenocarcinoma and
neuroendocrine tumors have also been reported to
occur in approximately 10% of IPMN patients [14, 15].
However, synchronous presence of IPMN and serous
cystadenoma is extremely rare. In almost all these
previously reported cases the diagnosis of synchronous
cystic and solid lesions in the pancreas was made on
the basis of cross-section imaging. This could be
explained as most of these reported cases diagnosed on
cross-sectional imaging were comparatively larger in
size. Our case is unique not only due to do rarity of this
occurrence but also highlights the clinical impact of
EUS and EUS-FNA in evaluation and management of
cystic lesions of the pancreas as evident from the
inability of biphasic pancreas protocol CT to ascertain
the presence of multiple sub centimeter multi-side
branch-IPMN lesions in body and tail of the pancreas
and a synchronous microcystic serous cystadenoma
which can falsely mimic as a solid lesion, and not
uncommonly, can be missed on CT and even MR
imaging. It is important to note that majority (up to
70%)of the serous cystadenoma are polycystic whereby
they have multiple cysts measuring 2 cm in size or
smaller and are separated by thin fibrous septa. Less
common pattern include microcystic which is entirely
made of small subcentimeter cysts, have a honeycomb
pattern, are well circumscribed with soft-tissue or
mixed attenuation on CT imaging and finally, least
common is oligocystic pattern of serous cystadenoma
which comprises of few large (more than 2 cm) cysts
and can be confused with mucinous cystic lesions of
pancreas. EUS played a critical part in this patient by
correctly diagnosing the multi-side branch-IPMN
lesions, their extent and a synchronous microcystic
lesion. This directly impacted our patient’s clinical
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Figure 3. Histological slide demonstrating synchronous IPMN and
serous cystadenoma. The arrow is on the IPMN and the arrowhead is
on the serous (microcystic) adenoma. IPMN: tall columnar cells with
basal nuclei and abundant mucinous cytoplasm lining a markedly
dilated duct. Microcystic serous cystadenoma: multiple small cystic
spaces lined by cells with round and central nuclei with clear
cytoplasm. (H&E; original magnification: x25)
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management. The endosonographers should be
cognizant of possible concurrent occurrence of these
cystic lesions in pancreas and this report behooves us
to perform a diligent and thorough endosonographic
examination.
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