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Abstract

We report a case of a 60-year-old female who was known to have intralobar pulmonary sequestration and her only
symptom was chronic cough. She had no history of infections and surgical resection led to complete resolution of her
chronic cough. [Indian J Chest Dis Allied Sci 2015;57:23-25]
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Introduction

Pulmonary sequestration (PS) is a rare anomaly
representing 0.2% to 6.5% of all pulmonary
malformations. Intralobar PS, first described by Pryce in
1946, accounts for about 75% of PS case reports in the
literature.1 Recurrent episodes of infection are the most
common complication associated with intralobar PS
and surgical resection is usually recommended even in
asymptomatic patients. Chronic non-productive cough
is an uncommon presentation of PS. We recently
diagnosed a patient presenting with chronic non-
productive cough to have an intralobar PS.

Case Report

A 60-year-old female presented with non-productive
cough of 5 months duration. Her symptoms worsened
after a bout of upper respiratory infection. She was treated
initially with oral antibiotics and inhaled steroids but

without any improvement. Cough was present throughout
the day but had no nocturnal component. She had been
treated in the past with inhaled steroids for possible
variant asthma but had no symptomatic benefit. She had a
remote 6-pack years of smoking history.

Past medical history of the patient was significant for
a pre-operative provisional diagnosis of intralobar PS;
established incidentally on a pre-operative chest
radiograph 6 years ago. Subsequent imaging indicated
stability and no further investigations were performed.
She had never been hospitalised for any respiratory
infections. She was recommended to have elective
surgery but she deferred.

Physical examination revealed clear lungs with no
abnormal signs. Spirometry was normal. A subsequent
methacholine challenge test was negative. A computed
tomography scan of the chest revealed a 36 mm x 23 mm
low attenuation lesion supplied by a large artery
arising from the descending thoracic aorta (Figure 1).

Figure 1. Lung (left) and mediastinal (right) windows of the computed tomographic images demonstrating feeding artery originating
from aorta (thin arrow) and intralobar sequestration in the left lower lobe (thick arrow).
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The patient underwent a left lower lobe
segmentectomy. The histopathology of the resected
specimen showed chronic organising pneumonia with
areas of honey-comb change and non-necrotising
granulomas (Figure 2). Special stains for bacterial or
fungal pathogens were negative. The granulomatous
inflammation was deemed non-specific.

After the surgical resection of the interlobal
sequestration, her cough resolved completely. The
patient remained symptom-free during 3 years of
clinical follow-up.

with a left lower lobe posterior basal segment ILS. Savic
et al1 described 133 ELS and 400 ILS cases in their
review of the literature. The ILS is usually diagnosed in
pediatric or adolescent patients though more than 20
cases have been reported in the literature of patients
older than 40 years.6,7 In the series by Petersen et al,6

40% (6/15) of these adult patients were asymptomatic
at the time of diagnosis while in symptomatic patients
cough and haemoptysis were the most common
presenting symptoms. In the two largest single
institution case series,8,9 most adult patients with ILS
were symptomatic at the time of presentation.
Symptomatic patients have recurrent episodes of
bronchitis or pneumonia. Our patient was diagnosed in
her late 50’s, had no history of recurrent infectons and
presented only with non-productive cough.
Complications associated with PS described in the
literature include fatal haemoptysis,10 cardiovascular
complications,11 fungal, bacterial and mycobacterial
including atypical infections,12-14 and malignant
degeneration.15 The severe complications associated
with ILS necessitate surgical removal.

Diagnosis of sequestration is initially suspected
based on chest radiograph.16 Retrograde angiography
has been the “Gold standard” for defining the vascular
supply and diagnosing PS but the newer non-invasive
techniques such as magnetic resonance angiography or
computed tomographic angiography may demonstrate
the aberrant vessels and underlying parenchymal
changes and obviate the need for the invasive testing in
most cases. Delineation of the anomalous vasculature
prior to surgery by non-invasive or invasive
angiography minimises the occurrence of fatal
intraoperative haemorrhagic complications.

Surgery is indicated in most patients with ILS
particularly those who are symptomatic.16 The optimal
management of asymptomatic patient is unclear but
most clinicians recommend surgical resection since these
lesions may be associated with serious complications.
A segmentectomy or lobectomy is usually indicated
for symptomatic patients with ILS although
pneumonectomy is rarely needed. Major complications
reported are intra-operative haemorrhage, broncho-
pleural fistula and empyema. Our patient had an
uneventful recovery after resection of sequestered
segment with resolution of her chronic cough.

References

1. Savic B, Birtel FJ, Tholen W, Funke HD, Knoche R. Lung
sequestration: report of seven cases and review of 540
published cases. Thorax 1979;34:96–101.

2. Gottrup F, Lund C. Intralobar pulmonary sequestration: a
report of 12 cases. Scand J Respir Dis 1978;59:21–29.

3. Boyden EA. Bronchogenic cysts and the theory of intralobar
sequestration: new embryologic data. J Thorac Surg 1958;
35:604–16.

4. Stocker JT, Malczak HT. A study of pulmonary ligament
arteries: relationship to intralobar pulmonary sequestration.
Chest 1984;86:611–5.

Figure 2. Histopathological photograph showing non-necrotising
granulomas in the setting of chronic organising pneumonia.
(Haematoxylin and eosin ×10).

Discussion

Pulmonary sequestration is an uncommon condition
wherein a portion of lung tissue has absent or
abnormal communication with the tracheobronchial
tree and has an abnormal vascular supply.2 Two types
of PS have been described: intralobar sequestration (ILS)
and extralobar sequestration (ELS). The ILS is
contained within the visceral pleura with venous
drainage into the pulmonary veins. The ELS is
separated from the normal lung and is outside the
visceral pleura with venous drainage into a systemic
vein. The arterial supply in both ILS and ELS is from a
systemic artery. Controversy exists with regards to the
origin and development of PS and various theories
have been proposed. The congenital origin of the ILS3

has been questioned by Stocker and Malczak4 who
studied the pulmonary ligaments of children without
any congenital or pulmonary vascular anomalies and
demonstrated systemic arteries within the pulmonary
ligament in 10 of 11 cases. Bronchial obstruction,
pneumonia, pulmonary artery occlusion, pleuritis, and
parasitisation of pulmonary ligament have been
proposed to explain the acquired origin theory of the
development of ILS.4,5

The ILS accounts for 75% of PS cases and is
typically located in the medial or posterior basal
segments of the left lower lobe. Our patient presented
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