Case Letters

Tracheobronchopathia osteochondroplastica following

laryngeal tuberculosis

Sir,

Tracheobronchopathia osteochondroplastica (TPO)
is a rare, idiopathic, benign disorder that is usually
asymptomatic and mostly diagnosed incidentally.
Characteristic feature is the formation of multiple
nodules in the trachea, proximal bronchi, and
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rarely in the larynx with sparing of the posterior
membranous trachea.!» We describe a patient wherein
TPO developed during the course of treatment of vocal
cord tuberculosis (TB).

A 66-year-old male presented with hoarseness of
voice and fever for 1 month. Indirect laryngoscopy
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revealed vocal cord nodularity and biopsy from vocal
cord nodule demonstrated necrotizing granulomatous
inflammation consistent with TB [Figure 1]. Computed
tomography (CT) scan (baseline) showed normal
tracheal appearance [Figure 2a]. Patient received
four-drug antituberculous treatment. At 6 months
despite improvement in fever, hoarseness persisted.
Follow-up CT demonstrated nodular tracheal wall with
few nodules showing calcification, along with vocal cord
nodularity [Figure 2b]. Flexible bronchoscopy demonstrated
numerous nodules involving vocal cords, anterolateral wall
of the trachea, and bilateral proximal main bronchi with
sparing of posterior tracheal wall [Figure 2c]. Biopsy from
tracheal nodule had stony hard feeling and revealed focal
calcification and ossification confirming the diagnosis of
TPO [Figure 3]. The patient was counseled regarding the
indolent nature of the condition and advised conservative
management.

TPO is a disease of unknown etiology that is usually
incidentally diagnosed in sixth and seventh decade
of life.l!l Patients are usually asymptomatic, however,
symptomatic ones may present with cough, wheezing,
dyspnea, or hemoptysis. The etiology of the disease is
not yet identified but association with certain chronic
inflammatory conditions, chemical or mechanical
irritation, degenerative, or metabolic abnormalities is
described. In one case report, diagnosis of TPO and
amyloidosis was simultaneously made on postmortem
examination. In another, TPO was diagnosed in a
patient chronically infected with Mycobacterium avium
intracellulare. Association of TPO with silicosis and IgA
deficiency has also been reported.

On systematic review of literature to identify reports
describing TPO and TB, two relevant publications were
identified. In one patient, TB was diagnosed 21 years before
the diagnosis of TPO." In two cases, TPO was identified
along with active TB and persisted after the treatment of
TB.P% In our patient, TPO was diagnosed following the
treatment of histopathologically confirmed laryngeal TB,
and the diagnoses of both TB and TPO are substantiated
with histopathological confirmation of the diagnosis. This
is the first report which strongly supports granulomatous
etiology such as TB as possible etiology for TPO.

Differential diagnosis of TPO includes tracheobronchial
amyloidosis, granulomatosis with polyangiitis, endobronchial
sarcoidosis, TB, papillomatosis, and bronchial and tracheal
wall tumors. Flexible bronchoscopy is considered diagnostic
that reveals characteristic “rock garden” or “cobblestone”
appearance due to the nodular projections in the lumen that
gives gritty sensation to the passing bronchoscope.” CT is a
useful modality that may show calcified airway nodularity.
Histopathology is seldom needed for the diagnosis and it
is often difficult to obtain a biopsy owing to stony hard
nature of the nodules.”! Treatment of this disease is usually
conservative. In patients with severe airway obstruction,
bronchoscopic removal or surgery may be required.
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Figure 2: (a) Baseline contrast-enhanced computed tomography neck (sagital
section) showing normal appearance of the trachea. (b) Follow-up computed
tomography (axial section) showing multiple nodules arising from tracheal
wall with focal calcification. (c) Flexible bronchoscopy demonstrating multiple
nodules in anterolateral walls of trachea with sparing of posterior tracheal wall
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Figure 3: Biopsy from tracheal nodule revealing foci of squamous metaplasia
of respiratory epithelium and nonspecific chronic inflammation with a tiny focus
of calcification. In the inset, an area of ossification is seen (H and E, x400)

Lung India * Volume 34 ¢ Issue 5 * September - October 2017



Case Letters

Financial support and sponsorship
Nil.

Conflicts of interest
There are no conflicts of interest.

Saurabh Mittal, Akanksha Jain’, Sudheer Arava’,
Randeep Guleria, Karan Madan

Departments of Pulmonary Medicine and Sleep Disorders and
!Pathology, All India Institute of Medical Sciences,

New Delhi, India

E-mail: drkaranmadan@ gmail.com

REFERENCES

1. Madan K, Nattusamy L, Arava S, Guleria R. Tracheobronchopathia
osteochondroplastica: a rare cause of difficult intubation. Indian J Chest
Dis Allied Sci. 2014 Jul-Sep;56:187-9.

2. Alroy GG, Lichtig C, Kaftori JK. Tracheobronchopathia osteoplastica:
End stage of primary lung amyloidosis? Chest 1972;61:465-8.

3. Baugnee PE, Delaunois LM. Mycobacterium avium-intracellulare associated
with tracheobronchopathia osteochondroplastica. Eur Respir) 1995;8:180-2.

4. Sun), XieL, Su X, Zhang X. Tracheobronchopathia osteochondroplastica:
Case report and literature review. Respir Med Case Rep 2015;15:14-7.

5. Taleon-Parazo A. Tracheobronchopathia Osteochondroplastica
and Tuberculosis: A Case Report. CHEST Journal. 2013;144(4_
MeetingAbstracts):44A-A.

6. Sousa M, Silva J, Rodrigues B. Coincident tuberculosis and
tracheobronchopathia osteochondroplastica in a patient. Arch
Bronconeumol 2017. pii: S0300-289630347-7.

This is an open access article distributed under the terms of the Creative
Commons Attribution-NonCommercial-ShareAlike 3.0 License, which allows
others to remix, tweak, and build upon the work non-commercially, as long as the
author is credited and the new creations are licensed under the identical terms.

Access this article online

Quick Response Code:
Website:

www.lungindia.com

DOI:
10.4103/lungindia.lungindia_54_17

How to cite this article: Mittal S, Jain A, Arava S, Guleria R,
Madan K. Tracheobronchopathia osteochondroplastica following
laryngeal tuberculosis. Lung India 2017;34:483-5.

Lung India * Volume 34 ¢ [ssue 5 * September - October 2017

485


zaheer
Rectangle


