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mature components survive and in some cases grow. The second is
that chemotherapy induces the transformation of immature malig-
nant teratoma into mature teratoma, a phenomenon first reported
by DiSaia et al. in ovarian GCTs, and termed chemotherapeutic
retroconversion.?

Somatic-type malignancy occurs in 3-6% of GCTs, almost always
in postpubertal patients (aged 15-68).1:2* Although most affected
patients have teratomatous GCTs,! 2 somatic-type malignancy has
occasionally been reported in other germ-cell tumors including
yolk-sac and spermatocytic tumors.® The time elapsing between
GTC diagnosis and the appearance of STMs tends to vary widely,
ranging from simultaneous presentation to a latency period of up
to 30 years. The interval for carcinomas (108 months) is longer than
for sarcomas (20 months).”

Reported STMs include various types of sarcoma, epithe-
lial malignancies and hematological malignancies.” Sarcomas are
undoubtedly the most common type of malignancy; although
rhabdomyosarcomas account for over half the STMs recorded,
leiomyosarcomas, angiosarcomas and other STMs have occasio-
nally been reported.® Carcinomas tend to be mostly to be classed
as adenocarcinomas NOSS; there are very few reports of neuroen-
docrine tumors, particularly in testicular lesions.

Generally speaking, the prognosis for these tumors is not
affected when the STM is located in the testicle; however,
development of STM in metastases—as in the present case—is asso-
ciated with an increased risk of mortality.®

The role of chemotherapy in teratomas with malignant neuroen-
docrine transformation has not been fully established.” Complete
surgical resection has traditionally been the treatment of choice
when malignant transformation occurs at a single site. Metastatic
or unresectable tumors will generally require multimodal man-
agement including chemotherapy in addition to loco-regional
approaches. Although patients tend to respond poorly to cisplatin-
based treatments, some tumors may respond to the specific
chemotherapy used for the somatic counterpart.'?

Summarizing, in this rare case a patient with mixed germ-cell
tumor of the testis and metastasis, treated with chemotherapy,
seven years later developed an atypical carcinoid tumor, with a
somatic-like malignant component, in a metastatic mature cystic
teratoma of the lung. Comprehensive pathological examination is
essential for the identification of somatic neoplasms within germ
cell tumor metastases.
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A Rare Case of Incidental Tracheal Lipoma
Caso excepcional de un hallazgo casual de lipoma traqueal
Dear Editor,

Primary tracheal tumours are uncommon, with an incidence
of 0.2/100000 population.! In adults, only 10%-20% of tracheal
tumours are benign, including chondroma, papilloma, fibroma,
haemangioma. Tracheal lipoma is extremely rare and only few
cases have been reported in the literature.! -8 This tumour typically
presents with non-specific symptoms and signs as dry cough and
wheezing and infrequently with respiratory failure. Its resection is
required and it can be achieved by both endoscopically and open
surgery.

Here we report the case of an incidental tracheal lipoma suc-
cessfully treated by rigid tracheobronchoscopy.

A 79-year-old male, former smoker with a history of arte-
rial hypertension, right Meckel’s cave meningioma and previous
retroperitoneal non-Hodgkin’s lymphoma, was admitted to our

Thoracic Surgery Unit to evaluate a broad-based polypoid tra-
cheal lesion incidentally discovered during the endoscopic CO,
laser cordectomy performed for an in situ squamous cell carci-
noma of the left true vocal cord. The patient reported no cough,
dyspnoea, wheezing, stridor or haemoptysis. The physical exam-
ination was unremarkable. Chest X-ray was normal. Computed
tomography (CT) scan showed an intratracheal polypoid growth
arising from the anterolateral tracheal wall. Flexible tracheobron-
choscopy confirmed the presence of a broad-based polypoid lesion
growing from the anterior tracheal wall, in correspondence of
the IV-V tracheal rings. The tumour was about 7 mm in diame-
ter with a smooth and yellowish surface. It obstructed about 50%
of the tracheal lumen (Fig. 1A). The uneventful endoscopic biopsy
revealed chronic tracheitis with squamous hyperplasia and mild
dysplasia. Despite the benign histological finding and the patient’s
asymptomatic status, we decided to remove the lesion because
of the recent history of glottis carcinoma. The patient underwent
tumour excision with diode laser by rigid tracheobronchoscopy.
Complete clearance of the airways was obtained. The postoperative
course was unremarkable. Histopathological examination revealed
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Fig. 1. (A) Flexible tracheobronchoscopy showing a well defined, yellowish, smooth, lobulated, broad-based tumour rising from the mucosal layer (arrows) of the anterior
tracheal wall. (B) Microscopic image of the resected specimen showing a not encapsulated tumour localized in the subepithelial layer, composed of mature adipocytes

without cellular atypia (hematoxylin-eosin).

a subepithelial lipoma (Fig. 1B). The flexible tracheobronchoscopy
follow-up revealed no local recurrence 12 months after the endo-
scopic treatment.

Airways lipoma is a remarkably rare tumour, representing only
3.2%-9.5% of tracheobronchial tree benign neoplasms.? It primarily
involves the main stem bronchi and, infrequently, the tracheal wall.
In a series reported by Politis et al only 3 of 50 tracheobronchial tree
lipomas were located in the trachea.” Lipoma arises from the sub-
mucosal fat of the tracheobronchial tree and can extend between
the cartilage rings into the peritracheal tissue.*

Patients with tracheal lipoma are primarily middle-aged men.?
They are generally symptomatic, presenting with dry cough,
wheezing, dyspnoea and stridor. Haemoptysis is unusual because
lipoma is not typically ulcerative. These symptoms usually occur
late, when the tracheal lumen is occluded by 50%-70%, and they are
frequently misinterpreted as asthma or chronic bronchitis. To date,
ours is the second case of asymptomatic tracheal lipoma reported in
the literature. The previous one was occasionally discovered during
a flexible tracheobronchoscopy performed for a solitary pulmonary
nodule.?

Regarding radiological imaging, chest X-ray is usually normal,
but it is always performed in presence of respiratory symptoms to
exclude other differential diagnosis.* Chest CT scan or chest mag-
netic resonance imaging, with their high specificity for fat, should
be suggested for the diagnostic management of tracheal lipoma
since they can give information not only about the location and the
nature of this endotracheal growth but also about its extension into
the peritracheal tissues.?

The gold standard in the diagnosis of tracheal lipoma is the flexi-
ble tracheobronchoscopy. Macroscopically airways lipoma looks as
a yellowish, lobulated, pedunculated or broad-based, fatty submu-
cosal growth. Preoperative biopsy by flexible tracheobronchoscopy
is still controversial. Some authors believe that a preoperative his-
tologic diagnosis is essential for an accurate treatment planning.
Conversely, others consider it a dangerous manoeuvre because of
the risk of bleeding with consequent airways occlusion.?~* Addi-
tionally, endoscopic biopsy sometimes results in a non-diagnostic
histopathological report due to the tracheal lipoma capsule resis-
tance to the biopsy forceps.'? In our opinion, if the bleeding risk is
acceptable, a biopsy should be performed preoperatively by flexible
tracheobronchoscopy in order to exclude other differential diagno-
sis like lipomatous hamartomas. Otherwise, it should be performed
together with the tumour resection via rigid tracheobronchoscopy.

The treatment of tracheal lipoma is its excision by tra-
cheobronchoscopy or, in select cases, by tracheal resection
with end-to-end anastomosis. The endoscopic excision can be

successfully performed with laser or electrosurgical snaring for-
ceps, cryotherapy or argon plasma coagulation via flexible or rigid
tracheobronchoscopy.!7:3 The choice of one of these endoscopic
techniques should be left to the operator’s experience and prefer-
ence. So far, no local recurrence has been reported after endoscopic
treatment. Only few cases of tracheal lipoma have been treated by
tracheal resection and reconstruction.>* In these cases preopera-
tive biopsy was not performed and the tracheal lipoma appeared
as a wide broad based polypoid tumour, with extension beyond the
tracheal wall only in one case.* Despite full and uneventful recov-
ery in all published cases, tracheal resection is generally related
to an overall morbidity and mortality of 12%-44% and 0.2-4%
respectively.!!'2 Moreover, about 5% of patients with postopera-
tive complications requires tracheostomy or further surgical proce-
dure to treat post-operative stenosis or anastomotic dehiscences.!?
Thus, surgical resection should be performed only in selected cases.

Tracheal lipoma is an infrequent finding that may be considered
as one of the possible alternative diagnoses of treatment-resistant
asthma and chronic bronchitis. The endoscopic treatment of tra-
cheal lipoma is effective and safe. It should be recommended as the
first approach to restore tracheal clearance. Tracheal resection and
reconstruction should be considered only in selected cases when
the histopathological examination provides evidence of malig-
nancy or the radiological imaging shows tumour extension through
the tracheal wall and the endoscopic treatment fails.
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Pulmonary Foreign Body Granulomatosis 11 R

Years After Injection of a Cosmetic Dermal Filler

Granulomatosis pulmonar de cuerpo extraiio 11 aiios después de
la inyeccion de un relleno dérmico cosmético

Dear Editor,

Pulmonary foreign body granulomatosis is a rare condition
where a granulomatous inflammation reaction to foreign bodies
occurs in the lungs.! It is usually secondary to intravenous injec-
tion of pulverized pharmaceutical tablets or by nasal inhalation of
drugs containing insoluble binders.?

Cosmetic dermal fillers can also produce a foreign body reaction
of the skin with multinucleated giant cells that can happen weeks
or years after the injection of a cosmetic filler.? Its clinical incidence
has been reported to range from 0.02% to 1%.%

Wereport a case of a female patient with 66 years old, ex-smoker
(50 pack-years), with a history of bilateral recurrent uveitis, Parkin-
son’s disease, depression, alcoholism and multiple plastic surgeries.
She had had a cosmetic dermal filler facial injection in 1994.

Respiratory symptoms appeared after an episode of facial cel-
lulites for which the patient was admitted to the Dermatology
nursery. She presented with erythema and edema of the face,
with tender areas at the inter-ciliary region and naso-genian sulc
(Fig. 1A). Biopsies of these areas were suggestive of granuloma-
tous reaction foreign body-like associated with lipidic material
(lipogranulomas). She was first treated with antibiotics, topi-
cal injection of 5-fluoracil and betamethasone with only partial
improvement and the need for surgical debridement. Histological
exam of the excised lesion showed chronic inflammatory reac-
tion with multiple lymphocytes, epithelioid histiocytes and small
rare granulomas with giant multinucleated cells, associated with
round multisized vacuoles, predominantly extracellular and non-
refringent (Fig. 1B). These changes were interpreted as foreign
body granulomatous reaction to the cosmetic dermal filler injected
11 years earlier.

She was first evaluated at the pulmonology clinic in 2005 for a
6 month history of productive cough, dyspnea, pleuritic right chest
pain and weight loss of 8 kg.

High resolution computerized tomography of the lungs
(HRCT-L) showed mediastinal adenopathies and a micronodular
milliary pattern of the upper lobes with ground glass areas (Fig. 1C)
as well as interstitial fibrosis at the lower lobes. Functional res-
piratory assessment showed air trapping (RV 145%) and reduced
DLCO (DLCO 42%, DLCO/VA 59%). Auto-immune blood tests,
angiotensin conversion enzyme and HIV, HBV and HCV serologies
were negative. Broncho-alveolar lavage was lymphocyte predom-
inant (44%, CD4:CD8=14) and bacteriological, mycological and
microbacteriological exams were negative. Transbronchial biop-
sies revealed non necrotizing granulomas with a vasculocentric

distribution and with giant multinucleated cells foreign body
like (Fig. 1D).

The hypothesis of lung granulomatous disease secondary to
the injection of a cosmetic dermal filler was admitted. The
patient was started on prednisolone and azatioprin, with clinical
improvement. Azatioprin was stopped in 2012 and prednisolone
in 2013. The patient was not compliant to the regular follow
up at the pulmonology clinic and she was later re-evaluated
in 2016. DLCO had further decreased (31%) and she maintained
mediastinal adenopathies, coalescent micronodules of the upper
lobes, bronchiectasis and fibrosis. Prednisolone was started again
(20 mg/day) and the patient was referred to the interstitial lung
disease clinic. Case was discussed at the multidisciplinary meeting.
The diagnosis previously considered was accepted and immuno-
suppression was maintained.

Cosmetic dermal fillers can be classified as resorbable fillers
(such as collagen or hyaluronic acid) or permanent/nonreasorbable
fillers (such as silicone).? Ideally they should be biocompatible and
they should induce minimum foreign body reaction.*

Foreign body reaction occurs when large foreign bodies can-
not be phagocytosed by macrophages triggering aggregation
of macrophages into multinucleated giant cells and formation of
granulomas. There are different types of foreign body granulomas
with different clinical and histologic features (cystic granulo-
mas, lipogranulomas and sclerosing granulomas) depending on
the type of filler used. However mixed type granulomas can
also occur. Cystic granulomas are composed of giant cells and
macrophages and usually occur with the injection of hyaluronic
acid or collagen. Lipogranulomas occur mainly with the injection
of silicone, paraffin or polyacrylamide gels and they have variously
sized vacuoles, macrophages, and giant cells. Finally sclerosing
granulomas (appearing usually with the injection of polymethyl-
methacrylate microspheres or polylactic acid microspheres) are
made of empty vacuoles with even sizes and shapes, and the
spaces between the vacuoles are filled with multinucleated giant
cells, macrophages, fibroblasts, and collagen fibers produced by
fibroblasts.>

One of the most probable causes for non-infectious granulo-
matous lung disease, sarcoidosis, remains without a known cause.
It is thought that sarcoidosis occurs when a patient with genetic
susceptibility to the disease is exposed to a specific environmental
antigen. According to Marcoval et al.,”> the immune system'’s
capacity of sarcoidosis patients to handle foreign matter is com-
promised and the presence of foreign bodies in the skin might
provide the stimulus necessary to granuloma formation. However
it is still uncertain if the presence of polarizable foreign material
within sarcoidal granulomas is compatible with the diagnosis of
sarcoidosis.5”

The injection of a cosmetic dermal filler normally induces a weak
granulomatous reaction which can be exacerbated by interferon
and other immunostimulatory medications triggering systemic
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