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Case Report
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Abstract
Pulmonary adenofibroma is a rare benign soft-tissue tumor composed of epithelial and stromal 
components, both of which are histologically benign. We report a case of pulmonary adenofibroma 
in a patient with occasional finding of a solitary pulmonary nodule in a CT-scan performed during 
the staging for a testicular tumor. The therapeutic approach was driven by the positive anamnesis 
for testicular neoplasm, by the positive PET-scan and most of all by the fact that the lesion was 
shrinking during chemotherapy and increased in dimension during the follow-up period without 
adjuvant therapy.
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Introduction
Pulmonary adenofibroma is a rare benign soft-tissue tumor composed of epithelial and stromal 

components, both of which are histologically benign. Rarity of this lesion is confirmed by the fact 
that only few case reports are available in the literature [1-10]. Radiologically, it appears as a solitary 
coin lesion: the rarity of this tumor and it’s in usual histologic appearance make it a challenging 
radiologic diagnosis. In fact, diagnosis is established only by histopathological examination and it 
needs to be distinguished from other benign and malignant entities with biphasic growth pattern. 
We report a case of pulmonary adenofibroma in a patient with occasional finding of a solitary 
pulmonary nodule in a CT-scan performed during the staging for a testicular tumor.

Case Presentation
A 24-year-old man, occasional smoker, was operated for a malignant testicular tumor that the 

histological examination confirmed to be a germinal tumor (immature teratoma 70%, seminoma 
in situ 15%, Yolk sac tumor 10% and embrional carcinoma 5%). Pre-operative staging CT-scan, 
besides the testicular lesion, showed a homogeneous, well-defined, round soft tissue nodule, 8 mm 
in diameter, localized in the right lower lobe associated with a sub-carinal linfadenopathy (Figure 
1). Contrast-enhanced CT showed no enhancement of the lung lesion and PET-scan revealed a mild 
uptake in the lung lesion (SUV 3.5). After three cycles of chemotherapy with PEB (cysplatin, vepesid 
and bleomycin) the patient underwent a new CT-scan and PET-scan that showed a dimensional 
reduction of the pulmonary nodule (4 mm) and the disappearance of the uptake of FDG. These 
data strengthen the suspicion that the lung lesion could be a metastatic localization of the testicular 
tumor. CT-scan was performed in follow-up after 12, 15, 18 and 24 months since operation and 
any modification was detected in the lung nodule, but the last CT-scan performed after 33 months 
showed a millimetrical increase in size of the suspected metastasis (6 mm, ex 4 mm) even if another 
PET-scan didn't show any uptake. On the basis of this data we decided to perform a surgical resection 
of the lung lesion. The patient was placed in a left lateral decubitus position and partial wedge 
resection of the right lower lobe was performed under video-assisted thoracoscopy (VATS) through 
CT-guided landmark placement. We inserted a 5-mm, 30-degree thoracoscope through a port in 
the eighth intercostal space along the middle axillary line; two additional ports were placed in the 
fifth intercostal space along the right anterior axillary line and in the sixth intercostal space along the 
right posterior axillary line respectively. We used a 60-mm articulating endothoracic linear cutting 
device (Endogia iDrive) with 3.5-mm staples to perform a wedge resection where the landmark 
was placed. There was no evidence of any other abnormalities of the right lung or pleural space. 
Despite all preoperative data pointed to a metastatic coin lesion, the histopathological examination 
surprisingly showed a benign lung lesion. On the basis of the macroscopic features, the tumor was a 
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well circumscribed but unencapsulated intraparenchymal peripheral 
mass, in subpleural location without contact with pleural surface 
or bronchus, measuring 5 mm in maximum dimension. The cut 
surface was firm, rubbery, homogenous, tan-pink without areas of 
hemorrhage and necrosis. The histologic features were characterized 
by club-shaped papillary structures lined by a layer of simple cuboidal 
epithelium, sometimes by a tall columnar epithelium at a low power 
view (Figure 2). The stromal component of papillary structures 
contains spindle cells with bland cytologic appearance devoid of 
mitoses or nuclear pleomorphism. Occasionally gland-like spaces 
were scattered within the lesion. No areas of necrosis or hemorrhage 
were noted. Bronchial and parenchymal surgical cut margins 
were free of tumor. Surrounding lung parenchyma was essentially 
unremarkable. At the immunohistochemical analysis, epithelial cells 
lining the papillae stained positive for pancytokeratins (CK), EMA, 
and TTF-1, whereas the stromal component was immune-positive for 
vimentin and focally for desmin and SMA. Spindle cells were negative 
for S-100 protein, CD34, CD99 and Bcl-2 (Figure 3 and 4). Based 
on the histomorphological and immunohistochemical features, the 
diagnosis of adenofibroma of lung was made.

Discussion
Pulmonary adenofibroma was first reported by Scarff and Gowar 

in 1944 [1]. Since then, only few case reports have been added to the 
literature. Clinical manifestations are vague and nonspecific. It is 
usually detected incidentally on radiology as a solitary subpleural coin 
lesion in middle-aged patients with a male ponderance. Histogenesis 
of this lesion is ambiguous and remains a subject of debate. Scarff 
and Gowar [1] believed that this tumor probably belongs to the 
hamartomatous family of the lung lesion. However, Butler and 
Kleinerman [2] proposed that they were neoplastic rather than 
developmental, based on the presence of immature cartilage in their 
lesions. At last, Suster and Moran [3] examined the clinicopathological 

and immunohistochemical features of two pulmonary adenofibromas 
and concluded that these tumors may represent an immature form 
of pulmonary hamartoma. Pulmonary adenofibroma is rarely of 
clinical significance and surgery is not always required, even if 
adenofibroma could potentially undergo malignant transformation 
and metastasize to other organs. Resection was almost always 
done because of the diagnostic puzzle presented [4-6]. In our case, 
the therapeutic approach was driven by the positive anamnesis for 
testicular neoplasm, by the positive PET-scan and most of all by the 
fact that the lesion was shrinking during chemotherapy and increased 
in dimension during the follow-up period without adjuvant therapy. 
The histopathological finding was kind of a surprise. We infer that 
the response during chemotherapy was due to the fact that, despite 
the benign nature, adenofibroma shows some low, but significant 
proliferating activity. In conclusion, pulmonary adenofibroma is a 
benign lesion of the lung which should enter the scope of differential 
diagnosis of solitary peripheral lung nodules; the most definitive 
method for diagnosis in patients with solitary pulmonary nodule is 
histopathological examination. Limited pulmonary resection using 
VATS is the most appropriate diagnostic and therapeutic modality in 
the management of this lesion [7-10].
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Figure 1: Soft-tissue nodule in the right lower lobe, detected at CT-Scan.

Figure 2: HE: pulmonary adenofibroma with club-like papillae lined by a 
single layer of simple epithelium.

Figure 3: TTF1: Epithelial cells lining the papillae show nuclear positivity for 
TTF-1.

Figure 4: VIM: spindle cells stain positive for vimentin.
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