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Endobronchial Hamartoma
— A Case Report —
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Hamartoma is one of the most common benign lung tumors. Most of them are located in the
lung parenchyme, but very rarely it can originate endobronchially. We report a case of endobron-
chial hamartoma in a 59 year old woman and a review of the literature.
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INTRODUCTION

Benign tumors of the lung constitute a small
minority of all lung tumors but they can cause clinical
roentgenographic changes similar to those seen in
malignant neoplasms. Hamartoma is the most com-
mon benign neoplasm involving the lung. Most
hamartomas are located peripherally in the lung
parenchyma and endobronchial hamartoma is a rare
lesion. Only 6 cases have been reported through
1986 in Korea,'® while intrapulmonary hamartoma
is relatively comrnon with 19 cases reported in
Korea.s7-'» This paper reviews the rarely en-
countered endobronchial hamartoma. Though non-
malignant, the lesion may cause irreversible lung
damage secondary to bronchial obstruction.

CASE

A 59 year old woman was admitted to Seoul Na-
tional University Hospital because of cough and
sputum 14 months before admission, when the
cough and fever developed. At that time, she visited
an other hospital, where a bronchoscopy was done,
and a round rubbery mass obstructing the bronchus
intermedius was noticed. Biopsy revealed only
chronic nonspecific inflammation. She was well till
2 months prior to admission when the cough
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developed again. A second bronchoscopy with
biospy was done at that hospital with the same
pathologic finding, so she was referred to Seou! Na-
tional University Hospital.

There was no history of tuberculosis and she was
a non-smcker. On physical examination body
temperature was 36.4°C, the pulse rate was 140/min
and the respiration rate was 28/min. Blood pressure
was 120/70 mmHg. She appeared dyspneic and no
abnormal physical findings were noticed.
Hematologic findings were white blood cell count
8.200/mm* and erythrocyte sedimentation rate 23
mm per hour. Sputum smears for acid fast bacilli
were negative and cytology of sputum and bronchial
washings revealed no malignant cells. On pulmonary
function test, FVC was 2.64 L (108% of predicted
value), FEV, 1.24 L, (71% of predicted value)
FEV./FVC 74% . X-ray films of the chest showed right
lower lung field collapse, which waxed and waned
since March, 1986 (Fig. 1-2). A computed
tomographic scan of the chest demonstrated a mass
obstructing the bronchus intermedius (Fig. 3). Bron-
choscopy and biopsy were done under the impres-
sion of bronchial adenoma. The bronchoscopy
revealed a movable lobulated pedunculated mass.
The pathologic examination suggested squamous
cell carcinoma.

An exploratory thoracotomy was performed and
just 3 cm distal to the carina, gelatinous endobron-
chial tumor mass obstructing the right bronchus in-
termedius was found. Frozen section of the
endobronchial mass revealed hamartoma. Rignt mid-
dle and lower lobectomy was done. Her posto-
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Fig. 1. Chest PA view showing right lower lung collapse
(Mar. 13 — 1986).

Fig. 2. Chest PA view showng improved right lower jung
collapse (May 6 — 1986).

perative course was uneventful.

Pathologic findings: On gross examination. in the
bronchus to the superior segment of the right lower
fobe. a somewhat nodular, polypoid, whitish tan en-
dobronchial lesion was noted and the superior seg-
ment of the right lower lobe showed atelectatic
consolidation. The masswasa 1.5 X 1.3 X 1.0cm
sized hyalinized ovoid mass occluding *he bronchus
intermedius. extending to the bronchus of the
superior segment of the right lower fobe. The mass
consisted of multiple hyaline cartilage islands with

Fig. 3. CT scan showing a mass obstructing the bronchus
intermedius.

ossification, and the cartilage was discrete from the
bronchial cartilage plate (Fig. 4). Hyperplasia of the
bronchial gland and atypical squamous metaplasia
were also noticed.

DISCUSSION

Hamartomas are abnormalities of growth original-
ly described by Albrecht and defined as “tumor-like
malformations in which occur only abnormal mixing
of the normal components of the organ.”'®

L.ess than 1% of the tumors of the lung are benign
and of these hamartomas are by far the most com-
mon.'" McDonald and his associates reported the
incidence of hamartoma in the general population
to be 0.25% .'* The reported ratio of male {o female
is 2.1 to 4:1. According to Bateson, 80.5% of
pulmonary hamartomas were intrapulmonary and
19.5% were endobronchial ' Joseph stated 10.3%
were endobronchial and Arrigoni said only 3% were
endobronchial.'** Worldwide, 58 cases of endobron-
chial hamartomas were reported until 1972.'7

The histogenesis of hamartoma is unclear.
Hodges suggested tour etiologic theories; congenital
malformation. hyperplasia of normal structure,
neopiasia and response to inflammation.’® The
theory of congenital origin is accepted by most
authors. But recent studies by Bateson support the
theory that both forms of hamartoma (intrapulmonary
and endobronchial) are similar tumors of primitive
bronchial mesenchymal tissue which has the capaci-
ty to differentiate toward muitiple, mature, mesen-
chymal components and the only differences being
the location and the direction of tumor growth.'*! He
considers these tumors to be true neoplasms and
not congenital malformations.
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Fig. 4. Microscopic finding showing multiple hyaline cartilage islands,
discrete from the bronchial cartilage plate.

The endobronchial hamartoma is usually pedun-
culated and originates from the proximal portion of
the bronchial tree.?® 54.5% of endobronchial hamar-
tomas occur on the right side of the lung and 45.5%
occur on the left side.? According to Dovenbarger’s
analysis of 28 cases of endobronchial hamartomas,
19.4% of endobronchial hamartomas were located
at the feft main bronchus, 12.9% at the right main
bronchus and 12.9% in the right lower lobe.*?

Several investigators have reported an associa-
tion of chondromatous hamartoma of the lung with
malignant lung neoplasms and possible maiignant
degeneration of the benign tumor.2*2* A coincidence
with extrapulmonary noeplasms was also mention-
ed, as in Carney's syndrome which consists of chon-
dromatous hamartoma of the lung, extraadrenal
paraganglioma, and gastric leiomyosarcoma.®
Karasik et al.suggested that the risk of lung cancer
in chondromatous hamartoma of the lung patients
was estimated to be 6.3 times higher than the age-
sex-ethnic adjusted rate expected for the general
Israeli population**’ and that no increased risk for
malignancies of other sites was found. Anderson
reported a case of 2 additional lesions appearing 9
years after primary resection of chondromatous
hamartoma.?”

Patients with intrapulmonary lesion are usually
free of symptoms. Clinically those patients with an
endobronchial lesion are often symptomatic with
fever, wheezing or hemoptysis whereas those pa-
tients with parenchymal chondromas are not. In this
case, the patient complained of recurrent cough,
sputum and fever.

Most hamartornas are discovered on routine
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chest roentgenography. Characteristically, the lesion
is round, has sharply defined margins and varies in
size from a few millimeters to 30 cm in diameter >®
Calcification is present in 10 to 15% of the cases
but the pattern of calcification may have no distinc-
tive features.'> However, lamination does not oc-
cur, and the “popcorn” pattern is cornmon in
hamartomas and rare in other lesions.?”’ By Doven-
barger, pictures of chest X-ray of the endobronchial
hamartomas show atelectasis, lung parenchymal in-
filtratior, and hilar mass which consists of each 50%,
38.5% and 19.2% of endobronchial hamartomas in
order, while the pictures of intrapulmonary hamar-
tomas show predominantly a single coin lesion.*®

Definite diagnosis can only be made by histologic
examination of the lesion. Rarely adquate tissue ean
be obtained through a bronchoscope, so usually a
thoracotomy is reguired. Bronchography may also
be helpful for diagnosing endobronchial hamartoma.
The slow endobronchial growth of this benign tumor
results in the bronchographic findings of a smooth
obstruction with outward flaring of the involved bron-
chus. In one reported case, the bronchogram
demonstrated a thumb-printing filling defect in the
left main bronchus.*®

The usual treatment for hamartomas is surgical
removal, especially in view of its potential malignant
transformation and because preoperative diagnosis
is generally not possible. Most solitary subpleural
hamartomas may be removed by enucleation. A
wedge resection or a segmental resection can be
useful if the tumor nas become inflamed and involv-
ed contagicus structures. Inflammatory involvement
of neighbouring structures may necessitate a more
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radical surgical procedure, sometimes including
resection.*"? If the fung distal to the obstruction is ir-

reversibly damaged,

lobar resection or even

pneumonectomy may be indicated.

10.

11,

12.

13

REFERENCES

. KimDY, Choi SS, Lee JH, Y00 YS, Yoo HS, Park HS:

Endobronchial hamartoma. Korean J Thorac Car-
diovasc Surg 9:94, 1976

. Kim KW, Lee HK: Hamartomas in the iung parenchyme

and bronchus
14.5345. 1981

Korean J Thorac Cardiovasc Sug

. Kim SM: A case of Endobronchial hamartoma. Korean

J Thorac Cardiovasc Surg 16:146, 1983

. Kim YH. Kim 88, Kim JS: Endobronchial hamartoma.

Korean J Thorac Cardiovasc Surg 16:161, 1983

. Kim JH: Surgical treatment of bermgn tumors of the

lung. Korean J Thorac Cardiovasc Surg 17475, 1984

. Lee SK, Lee MK, Kim HK, Kim TH, Lee DH. Park §S.

Lee JD: Endobronchial chondroid hamartoma of the
lung. Tuberculosis and Respiratory Disease 33:178.
1986

. Lee DY, Yoon YJ, Hong SN, Rhee OS, Choi IJ: The

adult form of pulmonary hamartora. Korean J Thorac
Cardiovasc Surg 9:90, 1976

. Choi YH, Chae S8, Lee CS. Kim HT, Kim HM. Kim

IS: Pulmonary hamartoma. Korean J Thorac Car-
diovasc Surg 15:162, 1982

. Kim YG, Kim KS: Hamartoma of the lung. Korean J

Theorac Cardiovasc Surg 13:298, 1980

Cho KS, Park JC, Yoo SY: Colleciive review of
pulmonary hamartoma in Korea. Korean J Thorac Car-
diovasc Surg 18:470. 1985

Cho KH. Park DS, Hong SH: Pulmonary hamartoma.
Korea J Thorac Cardiovasc Surg 15:155. 1982
Albrecht E: Ueber Hamartoma. Verh Deutsch Ges Path
7153 1904

Shah JP. Choudhry KU. Huvos AG. Martini N Beattie
EJ: Hamartoma of the lung. Surg Gynecol Obstet
136:406, 1973

McDonald JR. Harrington SW, Clagett OT: Harnartoma
(often called chondroma) of the lung. J Thorac Surg

15.

19.

20

21

22

23.

24,

25.

26.

27

28.

29.

30.

31,

. Sibala JL: Endobronchial

14:128, 1945

Bateson EM: Reiationship between intrapulmonary and
endobronchial cartilage containing tumours (so call-
ed hhamartomatal. Thorax 20:447, 1965

. Tomashefski JF: Benign endobronchial mesenchymat

tumors. Am J Surg Path 6:531, 1982
hamartomas. Chest

62:631-634, 1972

. Hodges FV: Hamartoma of the lung. Dis Chest 33:43,

1985

Bateson EM: So called hamartoma of the lung — A
true neoplasm of fibrous connective tissue of the bron-
chi. Cancer 311458, 1973

Walis JT. Joseph TW, David LS. Ravinder J. Jack JC:
Endobronchial hamartoma. Southern Medical Journal
77:757. 1984

Zeidier D, Vogot-Moykopf J: Das Intrabronchiale
Harnartochondroma: Symptomatologie and Therapie.
Pneumonologie 146:178, 1971

Dovenbarger WV Elstun W: Endobronchial hamar-
tormma. Am J Med 30.965. 1961

Hayward RH, Carabasi RJ: Malignant hamartoma of
the lung. Fact or Ficton ? J Thorac Cardiovasc Surg
53:457. 1967

Pouisen JT, Jacobsen M. Francis D: Probable malig-
nant transformation of a pulmonary hamartoma. Thorax
34:657. 1979

Carney JA, Sheps SG. Gorden H: The triad of gastric
leiomyosarcoma. functioning  extra-adrenal
paraganglioma and pulmonary chondroma. N Engl J
Med 296:1517, 1977

Karasik A, Modan M. Jacob CD, Lieberman Y: Increas-
ed risk of lung cancer in patients with chondromatous .
hamartoma. J Thorac Cardiovasc Surg 80:217, 1980
Anderson MN: Muiticentric hamartormas of the lung.
Ann Thorac Surg 6:469, 1968

Patheram |8, Heard BE: Unique massive pulmonary
hamartoma. Chest 75.95, 1979

Glen AL: A diagnostic approach to chest disease, 3rd
ed. P. 334 Baltimore, Williams and Wilkins, 1987
Bleyer JM Marks JH: Tuberculomas and hamartomas
of the lung. Amer J Roent 77.1013. 1957

Lemon WE. Good AA: Hamartoma of the lung.
Radiology 55:692. 1950

87



