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ABSTRACT

Serous Cystadenoma (SCA) are benign, cystic lesions of the pancreas. They are rarely known to occur in association with other pancreatic
conditions which include malignancies like pancreatic neuroendocrine tumour and adenocarcinoma. Asymptomatic benign lesions
of the pancreas like serous cystadenomas can be followed with surveillance. However, the problem arises when they are associated
with other co-existent pancreatic lesions. We present a rare case of serous cystadenoma pancreas in association with a periampullary
carcinoma for which Whipple Pancreaticoduodenectomy was done. This report emphasises thorough clinical, radiological investigations
must be done in all cases of serous cystadenomas so that any co existent lesions can be picked up and treatment tailored appropriately.

CASE REPORT

A 32-year-old female patient presented for routine health screening.
There were no symptoms prior to presentation. Ultrasonography
(USG) was done and the patient was initially found to have Space
Occupying Lesion (SOL) of size 4 cm in the head of pancreas,
which was suggestive of microcystic type of Serous Cystadenoma
(SCA). Laboratory investigations were normal except for slight
elevation of alkaline phosphatase: 300 iu/mL (N-30- 140 iu/mL).
There was no history of similar complaints in other family members.
Forward viewing Oesophagoduodenoscopy (OGD) done revealed
no abnormalities. Hence, based on the above findings, no further
investigations were done.

Six months later, she presented with jaundice, mild chills and rigor.
There was no history of fever. Serum Bilirubin was 3.2 mg% from
1 mg% six months back (normal- <1 mg%) with alkaline phosphatase
of 527 iu/mL (normal: 30-140iu/mL). The direct component of bilirubin
was 2.4 mg% reflective of an obstructive pattern. CECT revealed
serous cystadenoma with dilated commmon bile duct, pancreatic duct
and gall bladder suggestive of dilation at the distal end of the biliary
tree [Table/Fig-1]. Side Viewing Oesophagoduodenoscopy (SVS),
which gives a wider and more accurate field of vision than forward
viewing OGD, revealed a proliferative periampullary growth. As the
patient had features of cholangitis, the lesion was stented with plastic
stents. Multiple biopsies of the mass taken were inconclusive.

[Table/Fig-1]: Characteristic oligocystic pattern of serous cystadenoma with
periampullary Ca. Note the distended gall bladder.(arrow)
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The periampullary growth and serous cystadenoma in the head of
pancreas was managed by Whipples Pancreaticoduodenectomy
after subsidence of the acute episode of cholangitis in two months.
Intra operative sections revealed co-existent periampullary growth,
macroscopically separated from SCA in head of the pancreas by
2 cm [Table/Fig-2,3].

[Table/Fig-2]: Serous cystadenoma with periampullary CA. Note the distended GB
and retrieved stents.
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[Table/Fig-3]: Cut section of pancreaticoduodenectomy specimen with serous
cystadenoma and co-existent periampullary carcinoma.

Microscopy revealed glycogen containing PAS+ cells suggestive of
serous cystadenoma in the head of pancreas with well differentiated
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periampullary adenocarcinoma of pancreatic type with CEA+, mucin+.
Four peripancreatic lymph nodes, retrieved in the Pancreatico-
duodenectomy specimen, were reactive [Table/Fig-4-6]. Patient is on
annual CECT surveillance.

A

[Table/Fig-4]: A 100x. HPE showing pancreatic tissue with cystic spaces lined by
cuboidal epithelium.

[Table/Fig-5]: A 400X HPE showing cystic spaces with benign cuboidal epithelium
suggestive of serous cystdenoma.

[Table/Fig-6]: An 100x. HPE of Well differentiated adenocarcinoma of periampullary
lesion with infiltrating epithelium and glandular differentiation.

DISCUSSION

Serous Cystadenoma
SCA are relatively rare, account for about 25% of all cystic
neoplasms of pancreas [1] and were first described by Compagno J
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and Oertel JE in 1978 [2]. In a large surgical series, SCA comprise
16% of all resected cystic tumours of the pancreas [3]. They are
epithelial tumours of unknown origin, sharing some morphologic
and immunohistochemical features with centroacinar and ductular
cells of the pancreas. They are most commonly seen in middle aged
women (60-75%) [4] and are characteristically lined by glycogen
rich, non mucinous small cuboidal cells, producing watery fluid akin
to serum.

The Indications for surgery in SCA include symptomatic lesions and
asymptomatic lesions more than 4 cm. In a study of the growth rates
of twenty four patients of SCA at Massachusetts General Hospital,
Tseng JF et al., reported SCA more than 4 cm in size as an indication
for surgery as these patients are more likely to be symptomatic (72%
vs. 22%), with rapid growth (2 cm/yr vs. 0.12 cm/yr), increased risk
of malignant transformation and complications than those with size
less than 4 cm [5].

Typical imaging findings on CECT in SCA include a polycystic
microcystic pattern (70%), honey comb pattern (20%) and
macrocystic pattern (10%) [6,7]. Cytological analysis in SCA reveal
high glycogen, low CEA, CA19-9 and mucin. However, cytological
analysis results are disappointing, compounded by operator
dependence, accessibility of lesions, low yield and sensitivity [8].
The best surveillance strategy for follow-up of asymptomatic serous
cystadenoma less than 4 ¢cm is not standardised yet.

Incidental Periampullary CA

Periampullary Carcinomas (PAC) are often diagnosed at an early
stage because of precocity of symptoms due to their unique
location at the intersection of duodenum, distal CBD, head of
pancreas and ampulla itself [9]. Hence the term “periampullary”
has been referred to these tumours, which occur at the junction of
these sites within 1-2 cm from the ampulla. Most of these tumours
are well to moderately differentiated and are amenable to curative
resection [10].

In a study of 1944 Pancreaticoduodenectomies (PD) from a single
center, it was seen that 6% of all PD had an incidental finding
of periampullary or pancreatic mass. The three most common
incidentalomas include Intraductal Papillary Mucinous Neoplasm
(IPMN) followed by cystadenoma and pancreatic adenocarcinoma.
Though three fourth of these lesions were malignant or pre malignant,
they are usually amenable to curative resection [11].

Co-existent Lesions

SCA are known to co-exist or “collide” with other pancreatic lesions.
It is known to co-exist with hepatoid carcinoma which is similar to
Hepatocellular carcinoma [12]. It is also found along with pancreatic
endocrine tumours [13-17]. Patients with Von Hippel-Lindau disease
(VHL) commonly develop Pancreatic cysts and Neuroendocrine
Tumours (PNETs) [18]. SCA occur with other congenital pancreatic
lesions also [19,20]. The existence of pancreatic serous cystadenoma
and pancreatic adenocarcinoma has been described in three cases
so far in English literature [Table/Fig-7] [21,22].

The chance occurrence of a benign lesion like SCA having a co-
existent pancreatic adenocarcinoma is in order of 10, making
repeated occurrence of such tumours unlikely to be purely
due to chance [19]. Though both the lesions have histologial,
immunohistological and spatial distinctness in presentation, the
theory that both these lesions are co-existent due to genetic
alteration in a precursor stem cell which differentiates into either
of the two is due to Phosophatase and Tensin Homolog (PTEN),
a tumour suppressor gene on 10g. It is to be noted that loss of
chromosome 10q is the most frequent genetic abnormality seen
in SCA. Loss of heterozygosity in 10q is also seen in about 50% of
patients with SCA [20].
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Patient age/ Size of co-existent Site of lesions Distance between
Author gender Presentation lesions Histology in pancreas the two lesions Surgery done
SCA-4 cm (microcystic)
Symptomatic- PAS + (+/- Body
Montag AG 62/M abdominal pain and . . diastase) + Adjacent Total pancreatectomy with
etal., [21] weight loss PAC-diffuse with Splenectomy.
9 ’ peripancreatic CEA+, mucin+ Body
involvement (MDAC)-
Symotomatic- SCA-7 cm (microcystic) | PAS + (+/- Body
Montag AG YMpLO . diastase) + Total pancreatectomy with
59/F abdominal pain with 3cm
etal., [21] epigastric mass Splenectomy.
P9 PAC- 3 cm (MDAC) CEA+, mucin+ | Tail
A . SCA-3 cm (microcystic) | PAS + (+/- Head
Nitta H et symptomatic- diastase) + ' )
al., [22] 79/F evaluation for elevated Adjacent Pancreaticoduodenectomy
transaminases PAC- 3 om (MDAC) CEA+, mucin+ | Head

[Table/Fig-7]: Coexistent Pancreatic Serous Cystadenoma (SCA) and Periampullary Carcinoma described in English literature [21,22].

MDAC: Moderately differentiated adenocarcinoma

CONCLUSION(S)

Concomitant lesions can occur in serous cystadenomas resulting
in change in management strategy. Exclusion of other lesions is a
necessity when planning detailed management strategy for serous
cystadenomas.
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