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ABSTRACT

Brunner’s gland hamartoma is a rare benign tumour of the duodenum. It
was first described by Cruveilhier in 1835. Presently around 200 cases have
been reported in literature. No sex predilection is seen. Patients usually pres-
ent in the fifth to sixth decades of life. They may be clinically silent or may
present with variable symptoms and occasionally obstructive symptoms and
chronic pancreatitis. Endoscopic presentation can be nodular, polypoid or dif-
fuse glandular proliferation with thickening of duodenal wall and hence can be
misdiagnosed as malignancy. We describe a case of duodenal tumor reported
outside (on biopsy) as well differentiated adenocarcinoma which out as Brun-
ner gland hamartoma upon complete resection. Brunner gland hamartoma may
sometimes have a very unusual presentation. Extensive pre-operative evalua-
tion is necessity to avoid radical surgical procedure.
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INTRODUCTION

Mucus secreting glands of the duodenum were first described by
Brunner in 1688.! Hyperplasia of these glands is rare with a reported
incidence of 0.008%.%> The first case was described by Cruveilhier in
1835 and termed as hamartoma.? Till date, less than 200 cases have been
described with synonyms of Brunner gland adenoma, Brunner gland
hamartoma (BGH) or Brunneroma.* There is no sex predilection and
patients present in the fifth to sixth decades of life.® They are usually seen
as incidental findings on imaging with duodenal bulb as the most com-
mon location.” However, it may present with a variety of clinical presen-
tations depending on location and tumor size such as abdominal pain,
dyspepsia, nausea, vomiting, upper gastrointestinal (GI) bleeding and
occasionally obstructive symptoms with associated chronic pancreatitis.

CASE REPORT

A 42-year-old man presented with history of pain epigastrium since
one year and recurrent vomiting within half an hour of taking food
since one month. His abdominal examination showed no abnormal-
ity. The patient underwent upper gastrointestinal endoscopy which
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showed a nodular stricture at D1/D2 junction. A
biopsy of duodenum was performed by the same
procedure which was diagnosed as well differenti-
ated adenocarcinoma. The patient was further sub-
jected to abdominal Computed Tomography (CT)
which showed circumferential thickening of the
second part of the duodenum (15.2 mm maximum
thickness) abutting head of pancreas with loss of
fat planes. Laboratory investigations showed nor-
mal blood counts, liver, and kidney function tests
but elevated serum amylase and lipase levels. This
patient underwent radical surgery (Whipple’s pro-
cedure) at our institute with clinical diagnosis of
carcinoma periampullary region and the specimen
was sent for histopathological examination. Gross
examination of the specimen revealed circumferen-
tial thickening of the second part of the duodenum
and bulky head of the pancreas. Cut section re-
vealed a diffuse grey white area measuring 4x4 cm
with few cystic and hemorrhagic areas. Six lymph
nodes were isolated from the specimen and a sin-
gle celiac node was examined which was received
separately. Microscopy showed a tumor composed
of lobules of Brunner’s glands with a dilatation of
few glands. These lobules were separated by fine
fibrous septa and constituted >50% of the thickness
of the duodenal wall ( figures 1, 2 and 3). However,
no malignancy was seen on extensive sampling. A
diagnosis of Brunner’s gland hyperplasia was giv-
en. The patient had an uneventful recovery course
with no complications.

DISCUSSION

Brunner glands are branched acinotubular glands
with submucosal location, found exclusively be-
tween the pyloric ring and the papillae of vater.
Their major role is the protection of duodenal epi-
thelium from acidic gastric chyme by secretion of
neutralizing alkaline fluid composed of viscous
mucin. The pathogenesis of BGH has been linked
to excessive local irritation from acidic gastric
chyme, vagal stimuli, or unidentified antral hor-
mones.® Reduced lower esophageal sphincter tone
and delayed gastric emptying have also been im-
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spanning >50% of wall thickness (H&E
stain, 4x)

Fig. 2: Lack of features of anaplasia in
proliferating Brunner’s glands (H&E
stain, 20x)

L
Fig. 3: Smooth muscle actin stain high-
lighting the intervening smooth muscles
(IHC, 10x)

plicated. Hence, it is associated with conditions re-
lated to gastric hyperacidity and changes in gastric
emptying such as esophagitis, hiatus hernia, and
gastric-peptic ulcer. The association of this tumor
with uremia and chronic pancreatitis has also been
reported. In a study of patients undergoing pancre-
aticoduodenectomy, 76% of the patients had diffuse
hyperplasia of Brunner’s gland, raising the question
whether this is an adaptation to pancreatic insuffi-




ciency.” An alternate suggestion for this hyperplasia
is that these glands proliferate in reaction to inflam-
mation as evidenced by presence of lymphocytes in
the lesion.® Support to this hypothesis is not ratio-
nalized as lymphocytes may be present in normal
submucosa of the gastrointestinal tract. In a study
on the role of Helicobacter pylori infection in the
pathogenesis of BGH, 5 of 7 cases with BGH had
concurrent Helicobacter pylori infection. A definite
relationship has not yet been proven because of the
high prevalence of Helicobacter pylori and rarity of
this lesion in the general population.’

Initially, the hyperplasia of Brunner’s gland can
be focal, localized, and solitary usually involving
a lobule. However, if stimulus persists then the le-
sion enlarges involving multiple lobules leading to
formation of diffuse and annular lesion infiltrating
into the wall and circumference of the duodenum.
Imaging studies are of little help in the diagnosis
of this lesion. Endoscopically these can be nodular,
polypoid or diffuse with thickening of the duode-
nal wall. Due to this presentation, these lesions can
be misdiagnosed as gastrointestinal stromal tumor
(GIST), lymphoma, carcinoid, Peutz Jeghers polyp,
prolapsed pyloric mucosa, or aberrant pancreatic
tissue.” Hence, the best way to clarify the diagnosis
of such lesions is biopsy. Although surface biopsy
of this lesion can be misleading as in our case, a
deeper biopsy will be more diagnostic. Microscopic
diagnosis of hyperplasia requires presence of lob-
ules of Brunner’s glands within the submucosa in
at least 50% of the length of the biopsy showing
no features of dysplasia. Some authors have further
categorized these lesions. For lesion less than 1 cm,
the term “hyperplasia’ is used while the term ‘ade-
noma’ has been used for lesions >1cm and the term
‘hamartoma’ if it contains mesenchymal elements
also.'” Conflicts regarding this terminology exist as
some authors suggest that mere change in size in-
dicate progression of hyperplasia and do not imply

neoplastic behavior."

Ductal malignancy arising
from Brunner gland adenoma has been reported in
one case'? which is a very rare circumstance (0.5%).
Brunner gland adenoma in the duodenal wall with a

focus of atypical cells supported by MIB-1 and p53

Middle East Journal of Digestive Diseases/ Vol.6/ No.4/ October 2014

positivity has also been reported.!?

The treatment of BGH is done with surgical or
endoscopic removal in symptomatic patients taking
into account the size and gross appearance.'* Al-
though endoscopic techniques of removal are more
helpful, this procedure can be limited by difficult
anatomical sites. Recurrence in such a lesion is not
known.

Even though diagnosis of BGH can be made
by various imaging studies, in our case these were
non-conclusive. Even the small biopsy of duode-
num was misleading. Hence, these possibilities
should be kept in mind while dealing with duodenal
masses.
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