International Journal of Science and Research (IJSR)
ISSN (Online): 2319-7064
Index Copernicus Value (2013): 6.14 | Impact Factor (2013): 4.438
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Abstract: Tracheobronchopathia osteochondroplastica (TO) is a rare disease of unknown etiology and only sporadic cases have been
reported in the literature. This disease may be presented with a nonspesific symptom such as persistent cough and exact diagnosis may
be delayed. This report describes a case presented with an only symptom of prolonged cough and could be diagnosed lately as TO.
Physicians should consider TO in the differential diagnosis of persistent cough and further evaluation should be performed in order to

identify the underlying cause in patients with chronic cough.
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1. Introduction

Tracheobronchopathia osteochondroplastica (TO) is an
uncommon benign disease of unknown etiology
characterized by multiple cartilaginous or bony submucosal
nodules which project into the tracheobronchial lumen.
Clinical manifestations of patients with TO are variable and
nonspecific, and the disease may be manifested by
prolonged cough leading delay of the diagnosis. Here we
describe a case with a persistent cough and poor response to
antitussive drugs which could be diagnosed as TO after 6
months.

2. Case Report

A 58-year-old female presented to our hospital with
progressive dry cough for the last 6 months. She had been
prescribed antitussive drugs for several times but her
complaints were not reduced. She was a housewife and had
no work-life history. There was no past history of a chronic
disease. Her smoking history was 6 packs/year and she had
been quitted smoking more than 10 years ago. She had never
consumed illicit drugs and had no allergies.

On admission, the patient had a respiratory rate of 15
breaths/minute, a blood pressure of 120/70 mmHg, and a
heart rate of about 80 beats/minute with sinus rythm. Chest
auscultation revealed normal lung sounds. Examination of
the blood samples revealed only iron deficiency anemia
(haemoglobin:  10.5 g/dl). Number of leukocytes,
thrombocytes, and results of blood chemistry were within
normal limits. Erythrocyte sedimentation rate was 10 mm/h
and serum level of C-reactive protein was 0.5 mg/dl. Pulse
oximeter revealed oxygen saturation as 98% on room air.

Her chest radiograph was including normal radiological
features. Computerized tomography of the thorax (Thorax-
CT) demonstrated multiple calcified nodules in the
anterolateral wall of trachea, sparing the posterior tracheal
membrane (Figure 1). She underwent flexible bronchoscopy
(FOB) which showed that submucosal nodules protruded
into the airway lumen (Figure 2). Histopathological
examination of forceps biopsies taken from these nodules
found ossification and cartilage in the submucosal layer

(Figure 3). Based on clinical, radiological and
histopathological findings, she was diagnosed as TO. She
was treated with inhaled corticosteroids and 3 months later
her symptoms significantly attenuated.

3. Discussion

TO was reported firstly by Wilks in 19th century in a man
with tuberculosis (1). The etiology of the disease is still
unknown and the incidence of TO ranges from 0.01% to
4.2% (2, 3). There is no gender predominance. Although TO
is usually diagnosed in person over 50 years old, it may also
found in children (4).

Clinical manifestations of TO patients are variable and
nonspecific. Some patients are asymptomatic while others
may suffer from persistent cough, hemoptysis, dyspnea,
dryness of throat, recurrent lower respiratory tract infection,
atelectasis, and difficult intubation (5, 6). Because typical
symptoms are absent, TO is most likely under
diagnosed.Jabbardarjani et al. showed that chronic dyspnea
was the most common symptom in study which evaluated 10
patients with TO (7). However, Leske et al. found that the
most frequent (%54)complaint was chronic cough (5). In
addition, some patients were initially thought to have asthma
because of presentation with recurrent wheezing (8). The
patient in this case was also suffering from persistent dry
cough without any other respiratory symptoms which lead to
a delay in diagnosis.

The X-ray appearance of TO has no any characteristics.
Thus, a clear chest radiograph does not exclude the
diagnosis of TO. Thorax-CT is more valuable in identifying
tracheobronchial lesions.Characteristic feature of TO in
Thorax-CT ismultiple submucosal calcified nodules
involving the anterior and lateral walls of trachea and main
bronchi,with sparing of posterior membranous portions (9).
There are small (typically 3 to 8 mm) calcific nodules along
inner tracheal aspect and protruding into the tracheal lumen.
Even though imaging studies may give clue to the diagnosis,
bronchoscopy is the most definitive diagnostic test. The
bronchoscopic appearance is characterized by the multiple,
varied size smooth whitish nodules (10). These nodules are
hard on touch and gives gritty sensation while passing the
scope through the lumen.Biopsy is no essential since the
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typical appearance of FOB is enough to make a diagnosis.
However, histopathological findings may help to rule out
other diseases such as tracheobronchial amyloidosis,
relapsing  polychondritis, mucoepidermoid carcinoma,
papillomatosis, and sarcoidosis (11, 12). When biopsy is
performed, the histopathological features are characterized
by ossification and calcification in the submucosa, and
mucosal squamous metaplasia (13). In this case, forceps
biopsy was performed for differential diagnosis and
histopathological study demonstrated ossification and
cartilage formations in the submucosa compatible with TO.

There is no definitive treatment available for TO and
treatment is only offered to symptomatic cases (14).
Management mainly includes maintaining airway humidity,
reduction of airway irritation and treatment of respiratory
infections.Inhaled corticosteroids have also been used for
deal with TO. Leske et al. treated respiratory condition with
inhaled corticosteroids in 8 of the 41 TO cases (5). In severe
cases like airway stenosis, various bronchoscopic
interventions have been tried like removal of nodules by
forceps, laser ablation, cryotherapy and external beam
irradiation mechanical measures to remove obstruction
nodules using either cryotherapy, laser excision, external
beam irradiation, radiotherapy, stent insertion or surgical
resection therapy (7, 15). Prognosis is generally good but it
is related with degree of airway involvement and luminal
narrowing.

In conclusion, pyhsicians should consider TO in patients
with chronic cough and FOB should be performed in order
to uncover the underlying cause.
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Figure 1: Thorax-CT images of the patient on admission

Figure 2: FOB images of the patient
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