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ABSTRACT

Pulmonary hamartomas are the most common benign neoplasm of the lung, occurring
in the parenchyma or sometimes within the bronchi. Reported is a case of a 64-year-old
male patient with an endobronchial tumor. Sleeve left upper lobectomy was performed
and histhopathological examination revealed multiple growths of endobronchial
hamartomatous foci. This report demonstrates that endobronchial hamartomas may

develop from multiple foci.

INTRODUCTION

Pulmonary hamartomas are the most frequent
benign tumors of the lungs, usually occurring in the
parenchyma, with less than 10% located endobronchially.!
Endobronchial hamartoma may cause recurrent
obstructive pneumonia, bronchiectasis, atelectasis,
and eventually destruction of parenchyma distal to the
tumor occlusion.? Therefore, endobronchial hamartomas
may be misdiagnosed as a bronchial carcinoma or
an adenoma of the bronchus, since these lesions may
show the same radiological appearances. Reported is
a case of endobronchial hamartoma developing from
multiple foci, with a brief discussion of tumor genesis
and surgical management of the tumor.

CASE REPORT

A 64-year-old male was admitted with complaints
of gradually increasing cough and dyspnea during
the previous year. Posteroanterior X-Ray showed
consolidation of the left upper lobe, whereas computed
tomographic (CT) scan of the chest revealed atelectasis
of the anterior segment and lingular segments of the
left upper lobe (Figure 1). Fiberoptic bronchoscopy
demonstrated a large endobronchial polypoid mass,
occluding the left main bronchus, which extended to
the lingula. Irregular mucosal areas were also noted
around the mass. Initially, benign endobronchial tumor
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was suspected, but histopathologic evaluation of
bronchoscopic biopsy material showed dysplasia and
metaplasia at the squamous epithelium. A sleeve left
upper lobectomy was thus performed. Macroscopic
examination of the resected material demonstrated
a yellowish endobronchial mass of 1 c¢cm diameter.
The histopathological examination of the tissue
showed bronchial glandular tissue, smooth muscle,
and early connective tissue distributed throughout
the mature adipose tissue. Multiple growths of the
hamartomatous foci, constituting adipose and glandular
tissues, were detected in the biopsy material taken from
the irregular areas that were located at the inner surface
of the left upper lobe bronchus.

The patient’s postoperative recovery was uneventful
without evidence of recurrence for 3 years after
the operation.

DISCUSSION

Hamartomas are the most common benign lung
neoplasms, consisting of cartilage, connective tissue,
fat, smooth muscle and respiratory epithelium that
locate either in the parenchyma or in the bronchi.'
Although the majority are located in the periphery of
the lung, approximately 10% are found endobronchialy,'
and are usually only diagnosed incidentally on chest
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Figure 1.

CT scan at the level of the left upper lobe
bronchus shows an endobronchial mass with distal atelectasis
(Arrows).

radiographic examination." Endobronchial hamartomas
can cause irreversible pulmonary destruction due to
bronchial obstruction, so early diagnosis and proper
treatment is very important.

The majority of hamartomas are seen in adults
aged 50-60 years and are more common in men than in
women.* The origin of pulmonary hamartoma is a subject
of controversy. The term hamartoma, was first described
by Albrecht, being a combination from the Greek term
‘hamartia’ (defect) and ‘oma’ (tumor).’ In 1922, Feller first
reported a case of pulmonary hamartoma and concluded
hamartomas were a developmental malformation of the
lung, however, Bateson suggested that hamartomas were
true neoplasms originating from the undifferentiated
mesenchymal tissues in the submucosa of the
bronchi.>* Indeed, the onset of the disease in older
age and the demonstration of multiple developmental
foci on microscopic evaluation in our patient supports
Bateson’s hypothesis. Van den Bosch and colleagues
reported hamartomas that recurred in the same pulmonary
segment that were detected 10 and 12 years after

initial excision.® Incomplete removal of the hamartoma
was thought to be the etiologic factor, but we believe
that multiple developmental foci could explain apparent
recurrences.*”’ Treatment of endobronchial hamartomas
usually involves open surgery, but sometimes
endobronchial resection via bronchoscopy is considered
to be a safe and effective treatment. Thus, we believe
that effective and appropriate operations require clear
bronchial resection margins in open surgery, as can be
controlled with frozen section studies. Consequently,
in order to maximize possibility of a cure, long-term
follow up is needed, particularly for patients undergoing
endoscopic excision.

In conclusion, we believe that lung hamartomas are
benign fibrous tissue neoplasms which can result from
multiple development foci. Therefore, resection borders
must be controlled for multiple growths, especially in
endobronchial hamartomas.
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