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Abstract

Background: Brunner’s gland Hamartoma is a rare and benign tumor of the duodenum. Endoscopic
resection of large Brunner’s gland Hamartoma has seldom been reported. We report a case of a
Brunner’s gland Hamartoma which was as large as 6 cm x 5 cm that was successfully managed by
endoscopic excision.

Case presentation: A 49-year-old Chinese woman presented to a local hospital with a 5-month
history of epigastric fullness and nausea. In local hospital, upper endoscopy presented a sessile lesion
in the proximal duodenum, for which mucosal biopsies were non-diagnostic. She was managed
conservatively; however, the patient did not improve over the next 2 months and complained of
persistent epigastric fullness. Then she was referred to our hospital for further examination. In our
hospital, the contrast-enhanced Computed Tomography (CT) showed a round mass about 5 cm
in diameter. Endoscopic Ultrasonography (EUS) suggested this was a submucosal and cyst-solid
lesion with a well-defined boundary, and there were no ulcers or erosions on the surface. Finally,
the lesion was successfully managed by endoscopic technique (Endoscopic Submucosal Dissection,
ESD). The size of the resected specimen was as large as 6 cm x 5 cm and pathologically diagnosed
as Brunner’s gland Hamartoma. These results show that large Brunner’s gland Hamartoma can be
treated successfully by careful use of endoscopic procedures.

Conclusion: We present this case and reviewed the reported cases of Brunner’s gland hamartomas
which were resected endoscopically, which might provide a reference for endoscopists and surgeons.
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Introduction

Brunner’s gland Hamartoma was first described by Cruveilhier in 1835. It is generally described
as a rare, benign, proliferative lesion arising from Brunner’s glands, which are located in the
submucosa of duodenum [1,2]. Histologically, the lesions are characterized as an admixture of
normal tissues such as Brunner’s glands, ducts, smooth muscle, adipose and lymphoid tissues [3,4].

The symptomatic Brunner’s gland Hamartoma accompanied by hemorrhage, obstruction, or
intussusceptions usually requires surgical treatment, while it remains controversial as to whether an
asymptomatic tumor, found incidentally, requires surgical removal [5]. When the tumor is small or
pedunculated, endoscopic excision including polypectomy can be performed for treatment, while
surgical removal should be considered for giant lesions. However, there are no explicit criteria to
discern between endoscopic or surgical resection.

Herein, we report a case of a large Brunner’s gland Hamartoma of the duodenum that was
successfully managed by endoscopic excision, and give a review through the existing literatures of
Brunner’s gland hamartomas which were subsequently resected endoscopically.

Case Presentation

A 49-year-old Chinese woman was referred to the hospital with epigastric fullness. Physical
examination and laboratory results revealed no abnormalities. Upper endoscopy presented a sessile
lesion in the first part of duodenum, for which mucosal biopsies were non-diagnostic (Figure 1).
This patient was admitted to our hospital for further investigation and treatment. Endoscopic
ultrasonography showed a cyst-solid lesion (Figure 2). Abdominal CT revealed a round mass with
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Figure 1: Upper endoscopy presented a subepithelial sessile duodenal
lesion.

Figure 3: Abdominal CT revealed a round mass with internal multifocal low
densities in the proximal duodenum (arrow).

internal multifocal low densities in the proximal duodenum (Figure
3).

Based on the macroscopic and ultrasonography characteristics,
Brunner’s gland Hamartoma was suspected. Furthermore, in
consideration of that this patient had no serious complications; we
intended to resect it endoscopically. The patient agreed to undergo
endoscopic resection. Anatomic characteristics of the duodenum
make endoscopic resection of duodenal lesions challenging. However,
advanced endoscopic techniques enable the endoscopic resection of
large duodenal lesions. This lesion was successfully resected without
any complications, and the specimen was obtained for pathological
analysis. Gross examination of the resected specimen revealed a large
sessile duodenal lesion measuring 6 cm X 5 cm, with intact mucosa
without erosions or ulcers (Figure 4). Figure 5 shows a histologic
section of the mass stained with Hematoxylin and eosin. Microscopic
examination showed that the mass was composed of lobules of
relatively bland-appearing Brunner’s glands, which were surrounded
by bundles of fibro muscular and connective tissue without atypical
glands, confirming the diagnosis of Brunner’s gland Hamartoma. The

3

Figure 4: Gross examination of the resected specimen revealed a large
duodenal lesion measuring 6 cm x 5 cm, with a smooth surface without
erosions or ulcers.

Figure 5: Microscopic examination showed that the mass was composed
of lobules of relatively bland-appearing Brunner’s glands, which were
surrounded by bundles of fibro muscular and connective tissue without
atypical gland.

postoperative course was uneventful, and the patient was discharged
on postoperative day 5.

Discussion

Brunner’s gland Hamartoma, also known as Brunner’s gland
adenoma or brunneroma, is a rare benign tumor arising from the
Brunner’s glands of the duodenum [6]. The exact pathogenesis of
Brunner’s gland Hamartoma is unknown. One hypothesis suggests
that they may be related to irritation of the local lining, chronic
pancreatitis, Helicobacter pylori infection, or parasympathetic
activity [7].

Most patients are asymptomatic, but some can present with
non-specific symptoms such as abdominal bloating, mild abdominal
pain, early satiety or nausea [8]. Brunner’s gland hamartomas can
be found incidentally during gastroscopy or on imaging. Although
symptomatic lesions are rare, patients may present with hemorrhage
or obstruction. Gastrointestinal bleeding may occur because of ulcer
or tumor erosion, causing in melena, fatigue, iron deficiency anemia,
and in rare cases, hematemesis [6,9,10].

Gastroscopy is a diagnostic method of Brunner’s gland
hamartomas. However, endoscopic biopsies are usually negative
owing to the submucosal location of the mass [11]. The radiological
features have been described elsewhere. There are, however, no exact
characteristic radiological features for this lesion. CT scan can help to
exclude associated pathology in adjacent structures [12]. Endoscopic
ultrasonography is used to better define origin, extent, and vascularity
of polyps and suspected submucosal lesions. It is considered to be the
imaging modality of choice [11,13]. It assists to differentiate between
intraluminal and extraluminal mass and to give a preliminary
diagnosis on the characteristic appearance of the lesion and the layer
from which the lesion arises. Brunner’s gland hamartoma appear
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Table 1: Reported cases of Brunner's gland hamartomas which were resected
endoscopically.

Reference Year Size (cm) Morphology
Hizawa et al. [20] | 2002 0.7 broad-based
Hizawa et al. [20] | 2002 15 sessile
Hizawa et al. [20] | 2002 15 sessile, surface dimples

Lenz etal. [26] | 2013 | 1.5x1.4x0.8 pedunculated
Kurella et al. [27] | 2008 17 sessile
Hizawa et al. [20] | 2002 1.8 broad-based
Hizawa et al. [20] | 2002 2 sessile, surface dimples
Hizawa et al. [20] | 2002 2 pedunculated, surface dimples
Matsui et al. [28] | 1989 25x15 pedunculated
Mukherjee et al. [29]| 1999 | 2.5x 1.8 x 1.5 | pedunculated, ulcerated stalk
Iwamuro et al. [18] | 2016 26x19 pedunculated
Shemesh et al. [30] | 2000 3.0x2.0 pedunculated, ulcerated
Rocco et al. [31] | 2006 3.0x4.0 pedunculated
Jeong et al. [32] | 2004 4.0x%2.0 pedunculated
Walden [33] 1998  4.0x25x2.0 pedunculated, ulcerated
Kehl et al. [34] 1985 4.0x4.0 pedunculated
Hyatt et al. [35] 2006 5.0cm pedunculated
Chenetal. [36] | 2006 | 6.0 x0.4x0.2 pedunculated
Coriat et al. [13] | 2008 6.0 x 4.0 pedunculated
Stermer et al. [37] | 2005 7 cm long pedunct:llizt;,t:;bulated
Lee et al. [38] 2016 9.3x2.0 pedunculated, eroded
Tai et al. [39] 2001 10.5 cmin length pedunculated

as a heterogeneous lesion with solid and cystic components. And it
usually demonstrates as a localized mass exclusively limited to the
submucosal layer [14-17]. Therefore, endoscopic ultrasonography
provides endoscopists an important tool to diagnose Brunner’s
gland hamartoma [11,18,19]. Hizawa et al. [20] reviewed endoscopic
ultrasonography features of six cases of Brunner’s gland hamartoma
and they indicated that single or multiple cystic structures within the
submucosa could be detected in four patients and solid echogenicity
in the remaining two patients. There is no doubt that the definite
diagnosis was established on the pathological examination of the
resected specimen.

It is still controversial whether asymptomatic Brunner’s gland
hamartoma found incidentally needs surgical removal. Some people
think that it needs no treatment, whereas others hold that it should
undergo endoscopic excision in order to prevent complications
[21-24]. Symptomatic Brunner’s gland hamartoma usually needs
surgical treatment. When the tumor is small or pedunculated,
endoscopic polypectomy is the first choice. In our case, this sessile
lesion was as large as 6 cm x 5 cm, and we successfully resected it
under endoscopy and allowed the patient to avoid surgery, which
providing a choice for clinicians. We also give a review through the
reported cases of Brunner’s gland hamartomas which were resected
endoscopically. The results are summarized in Table 1. These results
may be a reference for endoscopists when they encounter analogous
lesions. Open surgical excision is reserved for cases where endoscopic
excision has failed or when tumor is too large [21,25].

Conclusion

In conclusion, we treated a patient with a large Brunner’s gland

hamartoma showing sessile morphology. When a solitary lesion with
cystic structure is found at the duodenum, it is important for clinicians
to consider Brunner’s gland hamartoma in the differential diagnosis,
despite the rarity of the disease. Endoscopic ultrasonography
provides endoscopists an important tool to diagnose Brunner’s gland
hamartoma. In our case, endoscopic resection proceeded successfully
despite the size of the lesion. This case shows that large Brunner’s
gland hamartoma can be treated successfully by careful use of
endoscopic procedures. Furthermore, we also give a review through
the reported cases of Brunner’s gland hamartomas which were
resected endoscopically, to provide a reference for clinicians.
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