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Tracheobronchopathia Osteochondroplastica (Case report)

"Towhidi M. MD', Katebi M. MD?, Attaran D. MD®, Omidi A. MD*
! Associated Professor of Internal Medicine, >Assistant Professor of Pathology,
3 Assistant Professor of Internal Medicine, * Professor of Pathology-
Mashhad University of Medical Sciences

Abstract

Introduction: Tracheobronchopathia Osteochondroplastica (TO) or Tracheopathia Osteoplastica
is a rare disorder of large airways with unknown etiology. The diagnosis is usually made on
bronchoscopy and confirmed on histology. Generally it is benign and asymptomatic but it may lead to
serious complication like airway obstruction requiring surgical treatment.

Case reports: We describe two cases of TO with characteristic bronchoscopic and histological
findings. The first one had squamous cell carcinoma of the lung, and the second one had chronic
rheumatoid arthritis associated with interstitial fibrosis.
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Introduction

T racheobronchopathia Osteochondropla-
stica (TO) is a rare abnormality of the
tracheobroncheal wall, characterized by the
presence of osteocartilaginous calcified
nodules within the submucosa, with some
degree of tracheobronchial narrowing.
Findings in CT scan are characterized by the
presence of an abnormal irregularity and
nodular densities protruding into the large
airway lumen and histological evaluations
confirming the diagnosis.

Case report-No.1

A 47 year-old woman referred with the
chief complaint of cough and progressive
dyspnea with blood streaked sputum for one
month. She was non-smoker with no weight
loss and no fever. She had had occasional
cough and exertional dyspnea for many
years.
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There was history of tuberculosis in her
father. On physical examination there was
no significant abnormality. Chest roentgeno-
gram showed round opacity in left upper
zone and CT scan revealed, characteristic
nodules and calcifications on entire trachea
and main bronchi (figure 1).

Fig 1: Nodules and irregular calcifications are
seen on CT scan
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Fiberoptic bronchoscopy showed mucosal
1 nodularity of trachea and main bronchi.
Left upper lobe bronchus was stenotic. The
endobronchial biopsy showed non specific
inflammation and cytology was negative for
malignant cell. Bronchial lavage was
negative for acidfast bacilli.

Biopsy from tracheal nodules showed
characteristic submucosal ossified nodule of
TO (figure.2). Thoracotomy and lung biopsy
showed squamous cell carcinoma (SCC).

Fig 2: Biopsy from tracheal nodules shows
ossification in submucosa , characteristic of TO
(H&E stainx400)

Case report-No.2

A 58 year-old woman referred with the
chief complaint of cough and dyspnea of 2
years duration. She has been smoking (water
pipe) for 20 years.

Cough has been associated with frothy

sputum. She lost weight recently, but had no
fever. She gave history of arthralgia and
joint swelling since many years ago which
resulted in joint deformity especially in
proximal interphalangeal (PIP) and metacar-
pophalangeal (MCP) joints of the hands.
With a diagnosis of rheumatoid arthritis she
received nonsteroid anti inflammatory drugs
(NSAID) and prednisolone.
On physical examination she was emaciated
without respiratory distress. She had flexion
deformity of PIP joints of hands without
swelling and arthritis.

There was decreased range of motion of
wrists and elbows. Also there were few
crackles in both posterior lung lower zones.
Rheumatoid arthritis (RA) factor was
positive. Sedimentation rate was 50 mm.
Chest roentgenogram showed bilateral inter-
stitial and reticulonodular pattern in lower
zones with honeycomb like appearance
(figure 3).

Fig 3: Posteroanterior Chest x-ray reveals bilateral
interstitial and reticulonodular pattern in lower zones
with no clear evidence diagnostic of TO

CT scan revealed characteristic features
of TO (figure 4).

Fig 4: Nodules and irregular shell-like calcifications
better seen on CT scan

Fiberoptic bronchoscopy showed mucosal
nodularity from subglottic area extended to
entire trachea and main bronchi, characteris-
tic of TO with slight inflammation of right
middle lobe bronchus (figure 5).
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Fig 5: Fiberoptic bronchoscopy shows
characteristic mucosal nodularity of TO

Biopsy of trachea showed submucosal ossi-
fying nodule suggestive of TO (figure 6).
Bronchial lavage for cytology and acid-fast
bacilli were negative.

Fig 6: Biopsy of trachea shows submucosal ossified
nodule characteristic of TO. H&E stain a -x100
( b-x400)
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Discussion

TO is one of the rare tracheobronchial
diseases characterized by the presence of
multiple submucosal osseous or cartilaginous
or osteocartilagenous nodules protruded in
tracheal and/or bronchial lumens(1,2).

It is more common in men over age 50 but
also has been reported in young females (3).
Disorder was first described by Walks in
1857 in a 38 year old man who died of
tuberculosis (3, 4).

The true incidence of TO is not well
known. In a prospective endoscopic study of
2, 180 patients over 8 year period, it was
recognized in only 9 cases (3, 4) and in
another study 4 cases were seen from 20,000
bronchoscopic examination (5).

Clinical presentation is variable, from
asymptomatic in mild cases diagnosed at
autopsy to extensive involvement and may
produce symptoms of cough, exertional dysp
-nea, wheezing and hemoptysis (due to muco
-sal ulceration) (1- 3, 6).

Evaluation of patients by using spirometry

shows obstructive pattern (6) and by imaging
study, characteristic nodules or irregular
shell like calcifications, better seen on CT
scans and often not on conventional posteroa
-nterior chest roentgenogram, but it may be
more evident in lateral view (1,2,7).
On fiberoptic bronchoscopy hard masses of
luminal protrusions of submucusal nodules
can be seen and taken by forceps biopsy.
Rarely during endoscopy, the larynx may be
the only site of disease (1, 8). The lesions
are most frequent in distal two thirds of
trachea and major bronchi (1, 3, 9).

Histologically, nodules of hyaline cartilage
and lamellar bone sometimes with active
marrow are seen in submucosa between the
normal cartilage and the surface of epithelium
of airway and there may be connections
between lesions or perichondrium of tracheal
rings from collagenous or cartilaginous and
/or osseous tissue (1).
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Relevant to both the diagnosis and
etiology of the condition is the observation
that the membranous portion of the trachea
is spared (12).

Etiology of this disorder is unknown and
controversial (1) but may be due to degene-
rative exostosis or enchondrosis of the
tracheal rings. Also correlation of disease
with amyloidosis was described by Sakulla
in 1968 as a late complication (1, 3,10,11).

In addition linking of TO with infection
of Mycobacterium Avium Intracellularis has
been postulated by Bagnee in 1995 (2, 13).

There have been few cases in association
with lung cancer which seem to be more
coincidental (3,9,14), Management of patients
generally is conservative but using a rigid
bronchoscope and dilatation and removal of
some osseous lesions can be done. Other
methods include: cryotherapy, laser therapy
(6) and external beam radiotherapy (2).

In general surgical management is indicated
only when conservative treatments like
antibiotics for infection etc. has failed (2, 3).
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