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Abstract

Cystic Brunner’s gland hamartoma in the duodenum
is exceedingly rare, although microscopic examination
may sometimes reveal a Brunner’s gland hamartoma
containing dilated ducts in the duodenum. We present
a case of large cystic Brunner’s gland hamartoma in the
duodenum with a long stalk, which is described in light
of multidetector-row computed tomography, magnetic
resonance imaging, and a modified small bowel series,
together with pathologic correlation and differential di-
agnosis.
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INTRODUCTION

Brunner’s gland hamartoma is an infrequently encoun-
tered benign tumor in the proximal duodenum, account-
ing for approximately 5% of all duodenal masses'.
Fifty-seven percent of the tumors originate from the
duodenal bulb and the incidence of the tumor decreases
as the distance from the pyloric ring growsm.

Cystic lesions of the Brunner’s glands are exceed-
ingly rare. Only 12 cases have been documented in the
literature under various terms such as Brunner’s gland
cyst, cystadenoma, mucocele, and cystic Brunner’s gland
hamartoma'”. There has been no literature depicting pre-
dominant cystic lesions of Brunner’s gland hamartoma
in imaging modalities, except for two cases that were
found at endoscopic ultrasonography. Although mild
dilatation of the ducts may be present in Brunner’s gland
lesions, it is only detected in histologic test™,

Herein, we introduce a rare cystic Brunner’s gland
hamartoma with a long stalk arising from the duodenal
third portion found on multidetector-row computed to-
mography (MDCT), magnetic resonance imaging (MRI),
and a modified small bowel series, together with patho-
logic correlation.

CASE REPORT

A 30-year-old man with a 3-d history of aggravated
episodes of nausea, vomiting, and epigastric pain was re-
ferred by a private clinic. He was healthy with no specific
family or past medical history. Physical examination and
laboratory evaluation revealed no abnormalities.

Upper tract endoscopy was not performed because en-
doscopic results reported by the private clinic were within
the normal limits. MDCT showed a 4 cm X 4 cm polypoid
mass with multifocal internal low densities in the proxi-
mal jejunum just below the Treitz ligament (Figure 1A),
and the lesion’s long stalk arising from the third portion
of the duodenum (Figure 1B). Multifocal high-signal in-
tensities on T2-weighted MRI reflected cystic components
(Figure 1C), which were identical to the low densities on
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Figure 1 CT and MRI findings. A: Axial portal venous-phase CT scan showing an intraluminal round mass (arrows) with internal multifocal low densities in the
proximal jejunum; B: Coronal reformatted portal venous-phase CT demonstrating an identical configuration to the modified small bowel series showing a long stalk
(arrowheads) and a well-defined mass with multifocal cystic lesions (arrows); C: A large, well-defined multi-chambered cystic mass showing high signal intensities
(arrowhead) with its moved location in the third portion of the duodenum on axial T2-weighted images.

Figure 2 Modified small bowel series findings. A well-demarcated round
filling defect (arrows) at the proximal jejunum just below the Treitz ligament and a
tubular filling defect with a long stalk (arrowheads) originating from the proximal
third portion of the duodenum.

MDCT (Figure 1A and B). The lesion’ location moved
to the third portion of the duodenum on MRI (Figure
1C). On the modified small bowel seties, a mobile smooth
lobular filling defect with a long stalk was visible in the
proximal jejunum (Figure 2).

A pedunculated, well circumscribed mass was removed
at laparoscopic enterotomy of the proximal jejunum, and
the residual long remnant stalk was removed by post-oper-
ative endoscopy. The cut surface of the resected specimen
revealed an approximately 4 cm X 3 cm whitish ovoid
mass with multiple internal cystic spaces (Figure 3A).
Histological examination of the specimen found that the

main body of the polyp contained a lobular collection of
mature Brunner’s glands with large multifocal areas of
glandular cystic dilation (Figure 3B and C). There was no
evidence of malignancy, and the lesion was diagnosed as a
pedunculated cystic Brunner’s gland hamartoma.

DISCUSSION

The etiology of Brunner’s gland hamartoma has not
been clearly elucidated. Brunner’s gland hamartoma rep-
resents 5%-10% of all small bowel tumors and occurs
most commonly in the fifth and sixth decades of life,
with no gender or race predominance’. Brunner’s gland
hamartoma is most commonly located on the posterior
wall of the duodenum near the junction of the first and
second portions. In a series of 27 patients described by
Levine ez a/¥, Brunner’s gland hamartoma was located
in the duodenal bulb, the second and third portions
of the duodenum of 70%, 26%, and 4% of the cases,
respectively. In the present case, the long stalk base was
located in the proximal third portion of the duodenum.
Although Brunner’s gland hamartoma is incidentally
found, Levine e a/” reported that the most common
presentations in symptomatic patients are gastrointesti-
nal hemorrhage (37%) and obstructive symptoms (37%).
Rarer presentations have been found in conjunction with
recurrent pancreatitis'), obstructive jaundice'”, and bili-
ary fistula""!, Brunner’s gland hamartoma is usually non-
dysplastic and entirely benign. However, at least one re-
cent report is available on a Brunner’s gland hamartoma
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Figure 3 Histologic findings of the
specimen. A: Cut surface of the gross
specimen showing a multiloculated cystic
appearance filled with mucin-like material;
B: Aggregated glands (arrows) are lined with
cuboidal to columnar cells with abundant
pale cytoplasm and a basally-located oval
nucleus, resembling a normal Brunner’s gland
in histopathologic findings of cystic Brunner’s
gland hamartoma (HE, x 200) while the large
cystic dilated gland showing the same lining
(arrowheads) as a normal Brunner’s gland; C:
Cystic Brunner’s gland hamartoma showing

with malignant potential'”, Brunner’s gland hamartoma
of the duodenum can be removed endoscopically be-
cause it is usually benign. However, we performed lapa-
roscopic enterotomy because endoscopic results report-
ed by the private clinic were within the normal limits. It
has been suggested that endoscopic or sutgical removal
of Brunner’s gland hamartoma can prevent the develop-
ment of complications and endoscopic polypectomy
represents the ideal approach depending on the site and
size of Brunner’s gland hamartoma and the presence
of a peduncle!™. In the present case, considering its
size and distal location, the endoscopist was reluctant to
perform the procedure, hence laparoscopic enterotomy
was performed as our next treatment option.

Patel ¢z al'™ have reported seven cases of Brunner’s
gland hamartoma on CT. In that report, two lesions with
homogenous enhancement correlated with histologic find-
ings of solid glandular proliferation, and the remainder
wete found with heterogeneous enhancement and hypoat-
tenuation. The latter cases revealed smooth muscle prolif-
eration and small cystic dilatation of the Brunner’s glands.
Up to now, to our knowledge, no study has described
predominant cystic lesions of Brunner’s gland hamartoma
found on imaging modalities such as MDCT and MRI,
except for two cases that were found on endoscopic ul-
trasonography”™’. Endoscopic ultrasonography provides
additional information about the internal components of
the duodenal mass. Imaging modalities such as MDCT,
MRI, and modified small bowel series were useful for
tissue characterization and localization of the mass in our
case, because the large pedunculated mass of the jejunum
was difficult to approach by endoscopic ultrasonography.

In the present case, large cyst lesions in a pedunculated
mass were revealed by characteristic multifocal high-signal

a well-demarcated nodular lesion, composed
of a lobular collection of tubuloalveolar glands
separated by fibrous septa, beneath the
muscularis mucosa, in the low power field
(x 12.5), while some glands showing cystic

Foy dilatation.
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intensities on T2-weighted MRI images, and large hypoat-
tenuating areas on enhanced MDCT correlated with large
cystic dilatation of the glands. Mobility due to its long
stalk was confirmed by a modified small bowel seties and
positional change during serial imaging studies.

Diagnosis of Brunner’s gland hamartoma is not al-
ways easy at present because radiological findings are
often nonspecific'”. CT is useful only for confirming
the absence of extra-luminal extension of a tumor!®.
Radiologic findings of Brunner’s gland hamartoma
are extremely similar to those of several other lesions,
including adenomatous polyps, lymphoma, carcinoid
tumors, and mesenchymal tumors such as gastrointesti-
nal stromal tumor, lelomyoma, and neurogenic tumor.
Since duodenal tumors depicted in a cystic configuration
through radiologic modalities are rare, the recognition
of a cystic component in a solitary duodenal mass may
be useful for preoperative diagnosis of Brunner’s gland
hamartoma.

In conclusion, cystic configuration of a solitary duo-
denal mass should be generally considered the clue to
the diagnosis of Brunner’s gland hamartoma.
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