
Case report

Multiple chondromatous hamartomas of the lung

A. Bini, M. Grazia, F. Petrella*, M. Chittolini

Department of General and Thoracic Surgery, University of Bologna, S. Orsola – Malpighi Hospital, Bologna, Italy

Received 12 June 2002; received in revised form 21 August 2002; accepted 26 August 2002

Abstract

Multiple chondromatous hamartomas (MCH) of the lung are very rare: only 16 cases have been reported to date. In young women, the

tumours may be a manifestation of Carney triad (gastric leiomyoblastoma, pulmonary hamartoma and extra-adrenal paraganglioma) or

Cowden syndrome (mucocutaneous lesions, multiple benign tumors of internal organs and increased risk for breast, thyroid, urogenital and

digestive tract cancer). We report the 17th case of MCH of the lung, diagnosed accidentally in a 66 year-old male patient, with suspected

concomitant hamartomas and malignant tumours. q 2002 Elsevier Science B.V. All rights reserved.
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1. Introduction

Hamartoma is the most common benign tumor of the

lung, accounting for 8% of pulmonary neoplasms. On histo-

logic section they are composed mainly of cartilage and

gland-like formations and may include a significant amount

of fat [1].

Hamartomas present a peak incidence in the sixth decade

of life and are two to four times more common in males than

in females [2]. They typically present as single, well circum-

scribed round nodules. Sixteen cases of multiple chondro-

matous hamartomas (MCH) have been described in the

world since the report by Bateson in 1967 [2–4].

We describe the 17th case in the world of MCH of the

lung, localized in the middle and lower right lung (Fig. 1).

2. Case report

A 66-year-old male heavy smoker was admitted to our

department for multiple lung nodules in a COPD patient

with high blood pressure, hypothyroidism and prostatic

hypertrophy. A DDDR pace maker had been applied 2

months before to treat a Luciani Wenckebach periodic

block 5:4.

CT scan disclosed a nodule 3 cm in diameter, with ‘pop

corn’ calcification, compatible with hamartoma, in the

posterobasal segment of the right lower lung lobe. Two

other lesions were detected by CT scan in the lower and

middle right lobe: they were 1 cm in diameter with a

dubious aspect.

Brain and abdominal CT scan and whole body positron

emission tomography were negative. Bronchoscopy and

broncoalveolar lavage were negative. Suspecting pulmon-

ary metastases, gastroscopy and colonoscopy were also

performed and both were negative. Transthoracic fine

needle aspiration biopsy did not establish diagnosis so we

decided to operate. Respiratory frequency was 16 a.p.m.;

arterial hemogasanalysis showed: Pa O2 ¼ 79 mmHg; Pa

CO2 ¼ 39 mmHg; pH ¼ 7.40, Sat O2 ¼ 96%; spirometry

revealed an obstructive syndrome (FEV1 ¼ 2.07 l 57% –

FVC ¼ 4.02 l 85% – FEV1/FVC ¼ 51).

Thoracoscopy was performed but no nodule was identi-

fied so we practised thoracotomy: manual palpation

revealed three nodules, resected by wedge resections. Histo-

logic examination was suggestive for three chondromatous

hamartomas (Fig. 2).

The patient was discharged 10 days after surgery in good

general conditions.

3. Discussion

Pulmonary chondromatous hamartoma, originally

considered a developmental malformation, is now classified

as a benign neoplasm derived from the peribronchial

mesenchyme [5]. Pulmonary hamartomas can be divided

into parenchymal (90%) and endobronchial (10%) types.

Usually hamartomas are located in a peripherical parench-

ymal location and are predominantly composed of cartilage.

Interactive Cardiovascular and Thoracic Surgery 1 (2002) 78–80

1569-9293/02/$ - see front matter q 2002 Elsevier Science B.V. All rights reserved.

PII: S1569-9293(02)00058-0

www.icvts.org

* Corresponding author. Tel.: 139-338-823-1311.

E-mail address: fpetrella@libero.it (F. Petrella).

D
ow

nloaded from
 https://academ

ic.oup.com
/icvts/article/1/2/78/730105 by guest on 22 M

ay 2023



Other components include fibromyxoid connective tissue,

fat, bone and smooth muscle [5].

In biphasic lesions composed of a mixture of both stromal

and epithelial cells, such as pulmonary chondromatous

hamartomas, the mesenchymal component is the site of

the High Mobility Group proteins (HMG) genetic altera-

tions [6], involving the chromosomal region 12q14 through

q15 [7].

Slow growth is the norm for these tumours; malignancy is

rare, if it occurs at all, and only a few cases have been

reported.

In general simple excision of a benign lesion is curative;

often excision may be done without the need for an

anatomic resection, although the type of resection is

obviously dependent on the location of the lesion. Recent

advances in minimally invasive techniques for the removal

of these lesions makes it less important to look for ways to

avoid removing a lesion that may be benign. Wedge exci-

sion through a thoracoscopic approach provides adequate

therapy without the attendant morbidity of a thoracotomy;

patients leave the hospital sooner and return to normal activ-

ities in a shorter period compared with that following thor-

acotomy. Benign pulmonary lesions presenting in a

endobronchial location often may be definitively treated

with rigid bronchoscopic excision[8].

Multiple pulmonary chondromatous hamartomas are a

rare entity and only 16 cases have been described in the

world. They often represent a manifestation of Cowden

syndrome or Carney triad, but our patient presented none

of the concomitant features of these diseases.

Cowden disease is a multiple hamartoma syndrome char-

acterized by mucocutaneous lesions, multiple benign

tumors of internal organs and increased risk for breast, thyr-

oid, urogenital and digestive tract cancers. Carney triad is

characterized by the association of gastric leimyoblastoma,

pulmonary hamartoma and extra-adrenal paraganglioma

[9,10]. In our case none of these diseases were observed.

Radiographically, chondromatous hamartoma presents as

a single peripheral nodular lesion, often with calcifications.

The presence of fat density in a well demarcated lesion is

suggestive of a benign tumor. In the past, needle aspiration

biopsies were frequently done in suspect chondromatous

hamartoma. However, positive findings are seldom obtained

from an aspiration biopsy of hamartoma [1]. The gold stan-

dard to diagnose hamartoma remains surgical resection.
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Fig. 1. CT scan showing multiple chondromatous hamartomas in the right

lung.

Fig. 2. Histologic section.
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Appendix A. ICVTS on-line discussion

Author: Dr. John R. Benfield, Professor of Surgery Emeritus, Univer-

sity of California Davis and Los Angeles, Surgery, 11611 Terryhill Place,

Los Angeles, CA, USA

Date: 10-Oct-2002 20:42

Message: This is reminiscent of our case report of 40 years ago

(Benfield, J.R., Harrison, R.W., Moulder, P., Lyon, E.S. and Graff, P.W.

Bilateral nodular pulmonary granulomas and retroperitoneal fibrosis.

JAMA 1962;182:579–581). Our patient was erroneously thought to have

carcinomatosis. In fact she had benign lung masses and she lived at least 20

years after her open lung biopsy. Definitive histological diagnosis of multi-

ple pulmonary nodules remains mandatory whenever there is reasonable

clinical doubt.

Response

Author: Franceso Petrella, University of Bologna, General and Thor-

acic Surgery, Via Massarenti, 9, Bologna, Italy

Date: 17-Oct-2002 13:12

Message: I thank Professor Benfield for his comment on our case report.

I appreciated his message about the histological diagnosis of multiple

pulmonary nodules and I agree on the proposed diagnostic assessment.

Author: Dr. Pier Luigi Filosso, Staff Surgeon, University of Torino,

Department of Thoracic Surgery, Via Genova, 3, Torino 10081, Italy

Date: 10-Oct-2002 20:51

Message: I read with interest the paper of Dr. Bini and colleagues.

Usually pulmonary hamartomas are occasionally detected in routine chest

X-rays, and their biological behaviour is benign. Thoracic HRCT scan (high

resolution CT scan) appears effective in the differential diagnosis between

hamartoma and potentially malign pulmonary nodules, when calcifications

are detected within the lesion.

In this article the Authors describe a high risk patient (COPD, hyperten-

sive cardiopaty, hypothyroidism and prostatic hypertrophy) in which thor-

acic CT scan detected a pulmonary nodule, compatible with hamartoma for

its calcifications, and two other small nodular lesions in the right lower

lobe. Medical history of this patient was negative for malignancy, and

endoscopic examinations of the bronchial tree, colon and stomach were

negative, too. The patient underwent thoracoscopy, converted to open thor-

acotomy because of the impossibility to identify the nodule.

I have two questions for the Authors:

1. Why in the preoperative assessment, was a PET scan not performed, in

order to determine the nature of the two smaller lesions?

2. Why was CT-guided needle localization of the bigger nodule not

performed prior to VATS? The management of occasionally detected soli-

tary pulmonary nodules (SPN) remains a challenge for the thoracic surgeon,

because, despite multiple diagnostic procedures, their exact nature is often

undetected prior to surgery.

Many authors recognize the importance of thoracic HRCT scan and PET,

in the preoperative evaluation of SPN. The size (> 2 cm.) and its irregular

margins at CT scan, are suggestive of a malignancy (primary bronchogenic

carcinoma or pulmonary metastase). An elective uptake at PET scan is

suggestive for an evolutive lesion. Transthoracic fine needle aspiration

biopsy (FNAB)and bronchoscopy are often unable to obtain a correct diag-

nosis of SPN.

VATS appears as a low risk surgical procedure to resect the lesion. On

some occasions, VATS alone is unable to identify the nodule (in case of

small lesions or located within a lobe); in these patients a preoperative

localization might be considered, in order to guide the endoscopic surgical

resection. I believe that surgery remains the gold standard to diagnose

occasionally detected SPN, and VATS appears as the surgical approach

of choice in many cases, especially in high-risk patients.

But I do not agree with the Authors when they conclude that surgical

resection is the best way to diagnose pulmonary hamartoma. I suggest first a

radiological follow-up and then, if the lesion shows a tendency to growth,

and all diagnostic procedures are unable to diagnose it, surgery can be

considered.

Response

Author: Franceso Petrella, University of Bologna, General and Thor-

acic Surgery, Via Massarenti, 9, Bologna, Italy

Date: 17-Oct-2002 13:14

Message: I thank Dr. Filosso for his message and interesting information

about the diagnostic assessment and management of solitary pulmonary

nodules; however I would stress at least three points:

1. The two smaller lesions were both 1 cm in diameter; according to Lee

et al. (Chest 2001; 120:1791-1797) PET false – negative cases frequently

occur when the lesion is 1.2–1.5 cm in size.

2. We performed VATS to exclude pleural carcinosis before thoracot-

omy; we do not perform CT guided anchorage in case of multiple pulmon-

ary nodules because this would require manual palpation of lung

parenchyma.

3. Surgical resection is still the best way to histological diagnosis, espe-

cially when comparing to CT guided FNAB. We agree on the diagnostic

algorithm proposed by Dr. Filosso, when radiological diagnosis is strongly

suggestive for hamartomas.
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