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OZET

Yetmis yasinda erkek hastada bronkopulmoner yayilim olan rekiirren larengeal papillomatozis olgusu

Larenkste sigil benzeri olusumlarla karakterize olan rektirren larengeal papillomatozis (RRLP) cocuklarda ve geng eriskin-
lerde gértilen nadir benign bir hastaliktir ve ileri yasta eriskinlerde az sayida olgu bildirilmistir. Solunum yolu boyunca
RRLP’nin yaytlimu nadiren ortaya ¢tkar ve distal bronslar, bronsiyoller ve akciger parankiminin tutulumu oldukga nadir-
dir. Onceden iki kez cerrahi girisim yaptlmis olan 70 yasindaki erkek hastada trakeobronsiyal ve pulmoner yayilimi olan
RRLP olgusunu bildiriyoruz. Eriskinlerde bu hastalik son derece nadir olmasina ragmen dogru tani, klinik, radyolojik ve
patolojik 6zelliklerin karakteristik kombinasyonuyla distintilebilir.

Anahtar Kelimeler: Reklirren larengeal papillomatozis, rektirren respiratuar papillomatozis, pulmoner yayiim, papilloma
virtis, eriskin, geng eriskin.
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Recurrent laryngeal papillomatosis (RRLP) which is characterized by wart like growths in the larynx is a rare benign di-
sease seen in children and young adults and a few cases are reported in old aged adults. The spread of RRLP throughout
the respiratory tract occurs rarely; and involvement of the distal bronchi, bronchioles, and lung parenchyma is very rare.
We report a case of tracheobronchial and pulmonary spread of RRLP in a 70-year-old man after two previous surgeries. Des-
pite the rarity of this disease in adults, the correct diagnosis may be suggested by a characteristic combination of clinical,

radiographic, and pathologic features.

Key Words: Recurrent laryngeal papillomatosis, recurrent respiratory papillomatosis, pulmonary spread, papilloma virus,

adult, juvenile.

Recurrent laryngeal papillomatosis (RRLP) is a
rare benign disease seen in children and a few
cases are reported in adults (1,2). Although
RRLP is histologically a benign proliferation of
stratified squamous epithelium and is usually li-
mited to the larynx, but spread to tracheobronc-
hial tree occurs in 2% to 29% and pulmonary pa-
renchymal in less than 1% to 7% (1). Adult on-
set RRLP is usually associated with solitary lesi-
ons. These lesions do not spread as readily as
juvenile forms do and recurrence rate is low af-
ter removal (1,3). In the present report, we re-
port to trcheobronchopulmonary spread of
RRLP in a 70-year-old male patient.

CASE REPORT

On July 2006, a 70-year-old man presented
with chief complaint of cough and hoarseness.
He had history of endoscopic operation for
laryngeal nodule in 1996 and 1999. Histopatho-
logy of laryngeal biopsy in 1999 was reported
papilloma with stratified squamous epithelium.
On physical examination there was hoarse vo-
ice, without any mass in neck, trachea was in
midline position. There were crackles with whe-
eze in lower zone of left hemithorax. Chest X-ray
showed collapse and alveolar infiltration in left
lower lobe (Figure 1). CT scan of chest revealed
nodules in trachea in several slices (Figure 2),
nodule in left lower lobe bronchus and fine no-
dules in left and right lower lobe (Figure 3). Fi-
beroptic bronchoscopy showed vegetations in
left false vocal cord and anterior commissur
clusters of grape like vegetations in subglottis,
distal trachea, left main and lower lobe bronchi.
Histopathology of forceps biopsy of left lower lo-
be vegetations showed fingerlike projections of

Figure 1. Chest X-ray showed collapse and alveolar
infiltration in left lower lobe.

Figure 2. Axial CT slices demonstrate tracheal papil-
lomas attached to the tracheal posterior and lateral
walls.
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Lury 4
Figure 3. Papilloma in left bronchus, and multiple
tiny nodules with a centrilobular distribution in right
and left lung.

stratified squamous and ciliated columnar epit-
helium with a fibrovascular core compatible with
papillomatosis (Figure 4).

DISCUSSION

RLP is a relatively rare disease but is still the
most common pediatric neoplasm found in the
larynx. The etiology of the disease is the human
papilloma virus (HPV). The most common types
of the virus that have been identified are HPV
types 6 and 11 (4). Other less common presen-
ting types include types 16 and 18; these have
been associated more closely with malignant
transformation (5,6).

Figure 4. Photomicrograph of histopathologic bronchi-
al mucosa specimen revealing a papilloma lined with
mature squamous and ciliated epithelium, consistent
papillomatosis tracheobronchial tree (HE, x50).

RLP is classified into juvenile and adult forms.
Juvenile form presents as multiple lesions that
are unpredictable in their response to treatment
and tend to have a high rate of recurrence. In
adults, RLP has a male predominance, are most
commonly solitary, show a greater degree of inf-
lammatory reaction, do not tend to spread and
recur less frequently than juvenile form (3,4).
The case is an old adult with recurrences, and
distal trcheobronchial and pulmonary spread an
uncommon finding in adults. Several possibiliti-
es for distal spread of RLP have been hypothesi-
zed: contiguous extension of papillomas, diffuse
viral contamination, multicentric origin of papil-
lomas and aerial dissemination of fragments (7).
Tracheostomy and surgical manipulation are
thought to induce spread of papillomas to the
distal respiratory tree as appears to have occur-
red in the present case with two previous laryn-
geal surgeries. Formal tracheostomy should be
avoided if at all possible in these patients (8).

The characteristic of RLP in children is the triad
of progressive hoarseness, stridor and respira-
tory distress. In adult patients, hoarseness is the
most common symptom as was in this patient.
When it is extensive RLP may cause respiratory
difficulty and even death (4). There are reports
of upper airway obstruction misdiagnosed as
asthma. Carroll et al. reported a 21 year old wo-
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man presented with respiratory collapse to
emergency department (9). Grobbelaar et al. re-
ported three cases with pulmonary hypertension
secondary to juvenile RLP (10).

The papilloma appears as an exophytic, branc-
hing, pedunculated or sessile mass, single or
multiple, most frequently located on vocal folds,
ventricular folds, the subglottis and laryngeal
surface of the epiglottis. Histologically, papillo-
mas appear as fingerlike projections of stratified
squamous epithelium with a fibrovascular core.
Basal cell hyperplasia and large vacuolated epit-
helial cells with a clear cytoplasm (koilocytosis)
are typical. When RLP extended into the subglot-
tis or trachebronchial tree, the epithelium can be
squamous or ciliated columnar epithelium (11).
In the present case biopsy from larynx in 1999
was squamous papilloma, and biopsy from left
lower lobe papilloma in 2006 showed both squ-
amous and ciliated columnar epithelium.

Many methods of treating RLP including antibi-
otic administration, surgery, radiotherapy, auto-
genous vaccination, and chemotherapy, have
generally been unsuccessful. However, some re-
cent reports have stated that interferon alpha
and antiviral agents such as cidofovir show pro-
mising results in the treatment of RLP (12-14).

RRLP is known to undergo malignant transfor-
mation. Spontaneous malignant degeneration in
nonirradiated RLP has been reported in both the
laryngotracheal and bronchioalveolar areas, the
reported incidence being 2% to 3% and occurs
within 10 years of diagnosis (3,7). It is thought
to be associated with extrinsic factors such as
smoking and radiation therapy. However, some
cases have been reported in patients without
this risk factors (15).

Conclusion: We described a case of RLP with
trcheobronchial and pulmonary spread in an old
age adult which is unusual. RLP should be con-
sidered as a differential diagnosis in tracheob-
rochopulmonary lesions especially in the patient
with known laryngeal papillomas. This is parti-
cularly true if the patient has had a tracheos-
tomy or surgery for papilloma. When RLP exten-
ded into trachebronchial tree, the epithelium can
be ciliated columnar epithelium or squamous.
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