| CASE PRESENTATION

An unusual but important Croeak

cause of wheezing

Case history

A 42yearold Ecuadorian male presented with
nocturnal wheezing, cough and purulent spu-
tum. The symptoms had started approximately
4 months previously. After travelling to
Venezuela, the patient had visited a general
practitioner reporting flulike symptoms which
resolved with symptomatic medication. Soon
afterwards, the patient developed dyspnoea
with low-grade fever and eventually productive
cough. The patient denied having had any other
symptoms at that time. The patient was treated
for community-acquired pneumonia with clar-
ithromycin, acetylcysteine and bronchodilators.
The symptoms improved, but noctumal wheez
ing without dyspnoea and cough with purulent
sputum had been bothering the patient inter-
mittently during the previous 2 months. The
cough was especially disturbing at awakening
and at night. The patient selfreferred to a
pneumologist.

The patient had recently been diagnosed
with COPD. His spirometry was described as a
"mixed process characterised by a slight restric-
tive pattern and a mild-to-severe obstructive pro-
cess" with postbronchodilator improvement. The
patient had a 25-packyear smoking history, with
cessation 3 years previously. The patient denied
weight loss, current fever and any family history
of cancer. A physical examination revealed a
body mass index of 38 kg:m?2, blood pressure
130/80 mmHg and pulse 88 beats:minl. On
lung auscultation, prolonged exhalation and
nocturnal wheezing was noticed. There were no
other remarkable physical findings.

Laboratory studies revealed phosphocreatine
elevation, but otherwise the results were normal.
Chest radiography and computed tomography
(CT) were carried out (figure 1).
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Figure 1
a) Chest (T scan. b) Corresponding computer
reconstruction.

Task 1
How would you interpret the chest CT
and tomographic reconstruction?
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Answer 1

A solid, smooth, partially obstructing 7-mm
rounded hyperdense mass localised inside the
left upper lobe bronchia is shown in both the
CT scan and the reconstruction.

Based on the results of the CT, it was decid-
ed to perform a flexible bronchoscopy (figure 2).
Bronchoscopy revealed a pinkcoloured mass
with a long pedicle connected to the internal
wall of the left principal bronchus. The mass
moved up and down as the patient breathed
and its surface was smooth. Histology of the
mass is shown in figure 3.

Figure 2
Picture taken during flexible bronchoscopy, showing a
shiny, vascularised tumour.

Figure 3
Histopathology of the bronchial tumour.

Task 2
How would you diagnose this patient?

302| Breathe | March 2007 | Volume 3 | No 3

Answer 2

The figure shows a benign neoplasic
proliferation of small capillaries and venules
surrounded by endothelia. Mild mononuclear
infiltrate and some haemorrhagic areas are
also visible. The sample is compatible with a
haemangioma.

Task 3

Suggest a treatment option for this
patient.



Answer 3
Surgical extirpation.

Clinical course
Although the current treatment of choice for
such cases is bronchoscopic extirpation, this was
unavailable locally, so the patient underwent
open surgery. A halflumen bronchotomy was
carried out at the base of the tumour pedicle
using an ultracision harmonic scalpel in order to
avoid both a relapse and a caloric propagation
wave that can produce muscle wall necrosis of
the bronchus.

The patient recovered from the intervention
and the symptoms were relieved completely.

Discussion

Although haemangiomas are the most com-
mon soft tissue tumour of infancy, they are very
rare among adults [1-3]. Most tumours in the
tracheobronchial tree are malignant, as demon-
strated by SHAH et al. [4] in one of the largest
series available. Only 1.9% of tumours in the
series were benign, and of those only 10% (i.e.
0.19% of the total) were classified as
angiomas.

Despite the benign and trivial nature of most
cutaneous haemangiomas, airway haeman-
giomas are potentially lifethreatening, as they
may manifest with severe haemoptisis [2, 5]. The
first of the few cases described in the literature
was reported in 1978 by HARDING et al. [6], who
presented a 67-yearold female whose left lower
lobe bronchus was obstructed by the haeman-
gioma. The lesion caused radiological signs (left
lower lobe atelectasis) and it was removed at
bronchoscopy. Cough, haemoptisis and stridor
are the most common symptoms among reported
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patients. Atelectasis is also often reported.

Although the pathogenesis of haeman-
giomas is not completely understood, it is known
that rapid proliferation of endothelial cells is
characteristic. As far as the location of these
tumours is concerned, they very frequently com-
promise the skin, cervicofacial region and the
upper respiratory tract [7]. While the diagnosis is
usually suggested after bronchoscopy, dynamic
contrastenhanced CT is a valuable noninvasive
method for the evaluation of airway haeman-
giomas [8]. It can be used to confirm the diag-
nosis in patients with equivocal findings on
bronchoscopy, and some authors believe that CT
findings are sufficiently specific to be recom-
mended as the primary diagnostic method. As in
the present case, a multiplanar reconstruction
can help to illustrate the location, extent and
degree of luminal narrowing. Because broncho-
scopic findings of a submucosal tubular struc-
ture and visible pulsation are highly suggestive
of endobronchial vascular lesion, extreme cau-
tion should be exercised in order to prevent fatal
bleeding [9].

The currently recommended management
for bronchial haemangiomas is a bronchoscopic
procedure with either neodymium-doped
yttrium aluminium gamet (NdYAG) laser or
electrocoagulation. However, en bloc surgery has
also been used in cases of profuse bleeding [7].
There is some data reporting the safety of
cryotherapy during the procedure, but this is only
preliminary [10].

Although they are unusual, bronchial haem-
angiomas should be considered among the caus-
es of wheezing. The present case differs from
those previously reported in that the main symp-
toms were initially compatible with pneumonia
caused by the obstruction.
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