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Introduction

Papillomas in respiratory system are very rare epithelial
lesions that are classified based on number, location or histology.
Multiple papillomas in the upper airway (papillomatosis) are more
commonly found in the larynx of children and young adults, and
in up to 30% of cases it can spread along the tracheobronchial
tree being the human papillomavirus (HPV) infection de most
common etiology [1-3]. However, in the absence of HPV infection,
pulmonary papilloma is a rare incidental diagnosis that affects
usually asymptomatic male smokers between the fifth and sixth
decades of life [4-6]. Solitary nodular papilloma of the lung is very
rare (<1% of cases), with the capability of malignant degeneration
towards a well differentiated squamous cell carcinoma (3).
However, no cases have been described of spontaneous pulmonary
cavitation, in the absence of respiratory infection. Histological
subtypes are squamous, glandular and mixed. The mixed subtype
is the least common with only 30 cases described in the entire
scientific literature [1]; from which 19 have been reported in the
Japanese bibliography [2]. We describe an exceptional case of
mixed solitary papilloma of the lung presenting as a cavitary lesion

in an asymptomatic patient.

Clinical Case

A 55-year-old smoker man with no history of respiratory
symptoms in whom, after a traffic collision, a computed tomography
(CT) was performed exposing two rib fractures and a solid, well
defined, lung nodule in the upper left lobe of 17x15x25mm (Figure
1A). After 2 month follow-up the lesion showed slight increase size
and cavitation, so percutaneous lung needle biopsy was performed
presenting tiny fragments of squamous epithelium interspersed
with mucinous glands. Results were suggestive but inconclusive
of Mucoepidermoid carcinoma. Positron emission tomography
(PET-CT) described a solid, cyst-like and spiculated node in the
left upper lobe of 30x18mm with pathological metabolism (SUV
max 7.3gr /ml) (Figures 1B & 1C). Blood test, pulmonary function
test and bronchoscopy were normal. The case was discussed in a
multidisciplinary committee of lung cancer where surgery was
recommended.

A wedge resection video-assisted surgery was performed
with margins greater than 2.5 cm. Intraoperative pathological
result showed lung papilloma; therefore, further resection
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was not necessary and postoperative recovery follow without
complications. The final histological results described mixed
squamous and glandular cell papilloma, consisting of fibrovascular
axes covered by squamous epithelium and mucinous columnar cells

on the surface and ciliary cells in focal areas. No atypia or necrosis
was found (Figure 1D). After 18 months of follow-up with periodic
CT scans patient remains without recurrence (Figure 1).

Figure 1.

Discussion

In 1998 Flieder [6-8] described solitary papilloma in the
respiratory system as a rare benign lesion, accounting for less than
0.5% of all tumors in this location. But even more exceptional is
its peripheral location in the lung parenchyma. The World Health
Organization differentiates three histological subtypes of pulmonary
papilloma: squamous, glandular and mixed. The squamous type is
the most frequent one and its potential for malignancy ranges from
8% to 40% of cases according to the series [9], being enhanced by
the carcinogenic effect of tobacco and HPV 16 and 18 serotypes
[10]. Back in 1979, Syrjanen [7] described that HPV was associated
with non-small cell lung cancer (NSCLC), but it was not until 2003
that Marquez Medina [8] refers for the first time to the possibility
that HPV infection is more frequent in patients with an EGFR
mutation and sensitivity to erlotinib. Glandular subtype generally
affects older patients, without association to tobacco, usually
found in peripheral location and no malignant transformation has
been described [5]. The mixed histological subtype is the most
unknown variant, with few references in literature [1] and whose
etiology, clinical and pathological characteristics remain uncertain
[2]. This case is a novelty finding because until now, a case of
spontaneous cavitation on a pulmonary papilloma, in the absence
of respiratory infection has not been described in any subtype.

Clinical presentation depends on location.

In larynx, trachea, or main bronchi, most common symptoms
are cough, atelectasis, infection, hemoptysis or dyspnea. Peripheral
lesions in lung parenchyma are usually asymptomatic, therefor an
incidental finding [4]. In terms diagnosis, the entity does not have a
characteristic image, so CT scan does not allow differentiation from
other intrapulmonary lesions. Likewise, it does not have specific
immunohistochemical markers, making preoperative biopsy by
bronchoscopy or transthoracic puncture, inaccurate for diagnosis
[1]. Positrons emission tomography (PET) is not indicated due to
high rate of false positives, great variability in metabolic behavior
and cost [11]. Treatment of choice is surgical resection combined
with antivirals in case of HPV infection [12]. Endobronchial lesions
are generally resected with laser. Pulmonary lesions require surgical
resection that will depend on the size, location and preoperative
suspected diagnosis. Given its low local recurrence, resection must

be done trying to preserve as much parenchyma as possible [2].

Conclusion

We present the first case described in the scientific literature
of mixed solitary papilloma presenting as a cavitary lung lesion. It
is a highly exceptional benign epithelial neoplasm that supposes a
medical challenge because its radiological and pathological findings
are no specific to determine the differential diagnosis with other
types of lung lesions. Treatment of choice is lung resection, with
good prognosis.
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