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Abstract

Seromucinous hamartoma is an extremely rare entity that has
been described in the sinonasal cavity and nasopharynx. We here
present a case of seromucinous hamartoma manifesting as an
obstructive endobronchial mass in a 65-year-old male and active
smoker, who presented with dyspnea upon prolonged exertion and
atelectasis.

Keywords

Seromucinous hamartoma, Endobronchial mass, Dysplasia, Atel-
ectasis

Introduction

Benign endobronchial tumors are rare diseases of the
tracheobronchial airway [1]. These neoplasms are mostly slowly
growingand their clinical presentations arerelated to bronchial
obstruction, such as cough, wheezing, or recurrent pneumonia.
Imaging studies may show endobronchial lesions, pneumonia,
atelectasis, and bronchiectasis. It is important to recognize these
entities so that individual patients can be conservatively managed.
Seromucinous hamartoma is an extremely uncommon entity
and almost all the cases are described in the sinonasal cavity or
nasopharynx [2]. We here present a seromucinous hamartoma
manifesting as an obstructive endobronchial mass.

Case Presentation

Clinical history

A 65-year-old male and active smoker had a past medical history of
hypertension, hyperlipidemia and asthma. Family history was significant
for chronic obstructive pulmonary disease (mother), Alzheimer’s disease
(father), and lung cancer (brother). He presented with right middle lobe
obstructing endobronchial mass 7 years ago with negative PET scan,
when he had a bronchoscopic and biopsy/debridement of this mass
which was negative for malignancy. During the seven-year interim,
the patient developed dyspnea upon prolonged exertion. The mass was
brushed as well as biopsied on multiple occasions and was found to be a
benign polypoid lesion negative for malignancy, not otherwise specified.
On a routine surveillance chest CAT scan 6 months ago, it appeared
that the mass had returned. Bronchoscopy and physical exam revealed

bilateral wheezing and neck pain. A routine non-contrast chest CAT scan
performed at an outside institution showed a partially visualized 6 mm
endobronchial lesion at the origin of the right middle bronchus with a
5.1 cm area of atelectasis in the right middle lobe. He denied shortness of
breath, hemoptysis, chest pain, fever, weight loss, and lymphadenopathy.
An endoscopic excision was subsequently performed.

Pathologic finding and diagnosis

The specimen grossly consisted of multiple irregular tan-pink
polypoid soft tissue fragments with aggregate dimensions of 1.1 cm x 0.3
cm x 0.3 cm. The tissue was fixed and embedded and the sections were
stained with Hematoxylin and Eosin and immunohistochemistry.

Microscopic evaluation of the tissue sections revealed benign pseudo-
stratified respiratory epithelium with submucosal seromucinous acinar
glands and ducts among the mildly cellular stroma. The seromucinous
acini and ducts growing in a lobular pattern displayed histomorphologic
features of minor salivary glands (Figure 1A and Figure 1B). The
seromucinous cells showed no appreciable cytological atypia. The stroma
exhibited conspicuous lymphovasculature with dilated slit-like spaces
surrounded by hyalinizing material, resembling the nasopharyngeal
tissue. Immuno histochemical stains revealed myoepithelial cells
in the seromucinous acinar glands (positive for S100, SMA and
Calponin) (Figure 2A). The stroma was positive for progesterone
receptor (Figure 2B), but negative for estrogen receptor. The
diagnosis of seromucinous hamartoma was subsequently rendered.
The patient is currently doing well. A chest x-ray following excision
showed resolution of the atelectasis.

Discussion

Benign tumors of the lung and tracheobronchial tree comprise
less than 10% of bronchopulmonary neoplasms [1,2]. Based on
the origin, benign endobronchial neoplasms can be divided into
mesenchymal, submucosal glandular, and surface epithelial tumors.
The tumors of mesenchymal origin account for the majority of these
lesions andthe most common one being hamartoma [1,2].

Endobronchial Hamartomas are mostly caused by malformation of
bronchial wall mesenchymal elements. Most described endobronchial
hamartomas contain a mixture of cartilage, bone, fat, and smooth muscle
tissue and are lined by respiratory epithelium. Minor salivary glands can
be found in the subepithelial tissue along the airways. However, minor
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Figure 1A (low magnification): A polypoid lesion lined by respiratory
mucosa. The submucosa is composed of mixed acini and ducts in a lobular
growth pattern and conspicuous lymphovasculature with slit-like spaces.

Figure 1B (high magnification): The acini and ducts are lined by
seomucinous cells. The lymphovasculture is surrounded by hyalinizing
material (insert).

salivary gland tumor of the tracheobronchial airway is rare. Most tumors
arising from minor salivary glands along the airway are malignant [3],
of which, notably, are mucoepidermoid carcinoma and adenoid cystic
carcinoma [3]. These malignant tumors differ from salivary glandular
epithelium-containing hamartomas by their invasive growthand
monotonous appearance as well as cytological and architectural atypia.

Respiratory epithelial adenomatoid hamartoma (REAH) is the
most commonly described salivary gland-related hamartomatous
lesion [4-7]. REAHs of head and neck are thought to arise from
invagination and proliferation of Schneiderian epithelium and consist
of polypoid masses with cysts lined by ciliated respiratory epithelium.
These cysts are directly connected to the surface epithelium and
are often surrounded by a thick hyalinized basement membrane
[5]. A second and much rarer type of salivary gland hamartoma is
the seromucinous hamartoma [4]. Seromucinous hamartomas are
polypoid masses with proliferation of acini and ducts which are lined
by cuboidal or flattened seromucinous epithelial cells and grow in
clusters, lobules, or irregular haphazard patterns [4]. The stroma is
usually edematous and may contain chronic inflammatory cells. All
seromucinous hamartomas are so far reported in the sinonasal cavity
and nasopharynx [2,8]. Our case displayed similar histologic features
to the seromucinous hamartoma described in the sinonasal cavity
and nasopharynx.

Only one similar case,which the authors called it seromucinous
gland hyperplasia, has been reported in the tracheobronchial airway.
This reported lesion was present at the level of the main carina,
clogging the right main bronchus and histologically containing fat
[9].
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Figure 2A: Immunohistochemistry reveals that the acini contain a layer of
calponin-reactive myoepithelial cells.

Figure 2B: The stroma cells are positive for progesterone receptor.

Although endobronchial seromucinous hamartoma is an extremely
rare lesion, it is important that both pathologists and clinicians are aware
of this entity as a cause of obstructive dyspnea and atelectasis, so that
correct diagnosis is made and the patient being managed conservative-
ly. Treatment mainly includes observation and conservative endoscopic
resection depending on the clinical scenario. The outcome is generally
excellent.
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