
Introduction

Chronic cough and dyspnea are a common reason for medical
consultation, but in some cases the cause is to be found in very
rare pathologies [1-3]. A 74-year-old, heavy smoker man came to
our pulmonary clinic after 3 months of chronic cough and dysp-
nea. Chest X-ray only showed diffuse interstitial thickening,

whilst spirometry showed normal dynamic volumes with notes of
distal obstruction. After 3 months of ICS-LABA therapy, cough
and dyspnea persisted. Computed tomography scan (CT) and flex-
ible bronchoscopy (FB) showed a 15 mm diameter endotracheal
nodular neoformation. FB biopsy was suggestive for B cell lym-
phoproliferative pathology. We performed an operative rigid bron-
choscopy laser assisted (ORBLA) with endoscopic loop polypec-
tomy preceded and followed by applications of diode laser [4,5]
obtaining lesion exeresis with tracheal patency. The histologic
examination showed that this lesion was a rare extramedullary
plasmacytoma (EMP). The EMP, which constitutes around 4% of
all plasmacell neoplasm, very rarely involve the trachea (only 19
cases were reported until now in medical literature) [1-3,6-11]. CT
scan at 14 days and FB control at 20 days and 60 days after
ORBLA demonstrated tracheal patency and the biopsy showed no
neoplastic infiltration. FB at 5 and 9 months after ORBLA showed
complete tracheal patency. The patient was not treated with radio-
therapy and at the 1-year follow-up we did not find any recur-
rences. After that, the patient did not come for any other check-
ups. In the past days (July 2020), three years after surgery, we
have contacted the patient who reported full health.

Case Report 

A 74-year-old, heavy smoker man came to our Institute suffer-
ing from chronic coughing and dyspnea for 3 months. At the clin-
ical evaluation, we found vesicular murmur and rhonchi. Chest X-
ray (dated March 22, 2017) showed only diffuse interstitial thick-
ening (Figure 1) and spirometry showed normal dynamic volumes
with notes of distal obstruction. We started ICS-LABA therapy,
but after 3 months cough and dyspnea persisted. We then per-
formed a computed tomography scan (CT) (May 5, 2017) which
showed a 15 mm diameter endotracheal nodular neoformation in
pars membranacea of medium trachea (Figure 2). FB showed in
the middle tracheal third a pink lesion of about 15 mm, with
implantation on the pars membranacea, that caused subtotal tra-
cheal occlusion (Figure 3). Lesion’s biopsy performed in FB was
suggestive for B lymphoproliferative pathology (CD20+; CD3-;
CD5-; CD10-). We performed operative rigid bronchoscopy laser
assisted (ORBLA) on June 16, 2017 with endoscopic loop
polypectomy preceded and followed by applications of diode
laser, obtaining lesion exeresis with subtotal tracheal patency
(Figure 4) [4,5]. The histological examination of the lesion
demonstrated diffuse plasmacell infiltration of chorion mucosae
(CD138+; MUM+; CD20+/-; CD19; PAX20-) with intermediate
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degree cytological clonal atypia (chains kappa+, lambda-) and a
proliferative index (Ki67) of 10%, leading to the diagnosis of
extramedullary plasmacytoma (Figure 5) [3]. Margins of the lesion
were not disease-free. After ORBLA, a clinical improvement with
cough regression was obtained. 

We performed a CT scan 14 days after surgery (June 30, 2017),
which showed subtotal tracheal patency (Figure 6). Bone marrow
biopsy was negative. Positron emission tomography (PET) showed
fluorodeoxyglucose (FDG) uptake only in the peritracheal tissue in
correspondence of the previous lesion. Hematological evaluation
did not give any indications for medical treatment [12,13].
Radiotherapy evaluation gave indication for adjuvant radiotherapy
(RT) [2,3,13] but the patient refused the treatment.

Flexible bronchoscopy control at 20 and 60 days after ORBLA
demonstrated subtotal tracheal patency and the biopsy showed no
signs of neoplastic infiltration. Five months after ORBLA, PET did
not show any tracheal FDG’s uptake. Flexible bronchoscopy 9
months after ORBLA showed complete tracheal patency. At the 1-
year follow-up, we did not find any recurrences. The patient did
not show-up at the subsequent follow-ups previously scheduled. In
July 2020, three years after surgery, the patient was contacted by
Rho Hospital ASST Rhodense’s hematology clinic and reported
subjective well-being.

Discussion 

Among the possible causes of cough and dyspnea, in addition
to the most common pathologies of the respiratory system, tra-
cheobronchial tumors must be taken into consideration. The lack
of efficacy of ICS-LABA-LAMA therapies, often used with dubi-
ous indications, should suggest the possible presence of a disease
quite different from asthma and COPD. Tracheal tumors are not
frequent as they constitute around 1% to 2% of all respiratory tract
tumors [3,14]. Among these, squamous cell carcinoma and adenoid

cystic carcinoma are the most common malignant tumors. EMP
represents around 3% of malignant tracheal tumors [3,15,16]. The
pathogenesis of tracheal EMP is still unclear, but viral pathogene-
sis and chronic irritation may contribute to those lesions [3].

EMP are rare plasmacell tumors that arise outside of the bone
marrow. They constitute around 4% of all plasmacell neoplasms,
and in 80% of cases they occur in the upper aerodigestive tract-
nasal cavity, paranasal sinuses, and oronasopharynx [2,6,15,17].
Only 19 cases were reported until now in medical literature
review: Duarte et al. [1] reported 15 cases of tracheobronchial
plasmacytoma with tracheal location in 2015, and the remaining 4
were single case reports [2,3,7-11]. Ours is the twentieth case.

As other tracheal tumors, tracheal plasmacytoma becomes
symptomatic when the narrowing of the tracheal lumen is over
75%, as it was in the reported case. Symptoms are nonspecific such
as chronic cough, stridor, dyspnea, expiratory wheezing, hoarse-
ness, and hemoptysis. They are often misdiagnosed as asthma or

                             Case Report

Figure 1. Chest X-ray showed only diffuse interstitium thickening.

Figure 2. Computed tomography scan revealing 15 mm diameter
endotracheal nodular neoformation in pars membranacea of
medium trachea.
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sleep apnea syndrome [2,6,17]. Both CT scan and FB are essential
diagnostic approaches: whilst the first allows the evaluation of the
lumen, airway wall, and mediastinal structures, the second gives an
endoluminal view of the tumor [2,3]. There are many options for
treatment: surgical resection alone, endoscopic resection alone, RT
alone or in combination with one of the first two options
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Figure 3. Flexible bronchoscopy confirmed 15 mm diameter
endotracheal nodular neoformation in pars membranacea of
medium trachea.

Figure 4. Endoscopic picture after loop polypectomy and diode
laser treatment in operative rigid bronchoscopy laser assisted.

Figure 5. Hematoxylin & Eosin 20X (A) and CD138 5X (B): dif-
fuse plasmacell infiltration of chorion mucosae (CD138+;
MUM+; CD20+/-; CD19; PAX20-) with intermediate degree
cytological clonal atypia (chains kappa+, lambda-) and a prolifer-
ative index (Ki67) oxyline Ef 10%, leading to the diagnosis of
extramedullary plasmacytoma.

Figure 6. CT showing trachea’s patency 14 days after ORBLA
treatment.
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[1,6,13,15]. There is local recurrence in approximately 30% and
metastasis in 15-40% of cases [1,6]. 

In our case, the patient was treated successfully by ORBLA
with endoscopic loop polypectomy, diode laser treatment, and no
RT [4,5]. Diode laser treatment of the lesion before removal and of
the lesion’s base after removal were likely effective. During the
procedure no bleeding occurred, and even if lesion’s margins were
not disease free, at the 1-year follow-up no signs of recurrences
have been observed. FB control at 20 days, 60 days, 5 months, 9
months after ORBLA demonstrated tracheal patency and no neo-
plastic infiltration in biopsy. After one year, the patient failed to
attend clinical checks. But, in July 2020, three years after opera-
tion, the patient was contacted by Hematology Clinic and reported
subjective well-being.

Conclusions

Tracheal tumors account for only 1-2% of all respiratory tract
tumors [1,2,15]. EMP are rare plasmacell tumors that arise outside
of the bone marrow. They constitute only around 4% of all plasma-
cell neoplasms. Although most of EMP arise in upper airways, they
are rarely present in trachea [2,6,15,17]. Only 19 cases were
reported until now in medical literature review [1-3,7-11] and ours
is the twentieth case. Symptoms are nonspecific such as chronic
cough, dyspnea and expiratory wheezing and are often misdiag-
nosed as asthma or COPD [3]. CT and FB are an essential diagnos-
tic tool [2,3]. Regardless of treatment options, the low number of
cases reported in literature does not allow for an evidence-based
approach to EMP treatment. Surgery/endoscopic resection and/or
chemoradiation remain controversial [3]. 

In our case, after a bronchofibroscopy that did not lead to a
definitive histological diagnosis, we have decided to submit the
patient to an ORBLA. This technique, which involves less morbid-
ity than tracheal surgery, led to the prompt regression of symptoms
(dyspnea and cough), to the correct histological definition of EMP,
and allowed us to carry out the laser treatment of the neoplasm.
The patient refused the proposed radiotherapy, and the absence of
the disease’s recurrence observed in the one-year follow-up is like-
ly to be related to the effectiveness of the ORBLA and, in particu-
lar, to the laser treatment performed on the neoplasm and its
implantation base.

In light of this clinical case, it is possible to hypothesize that
ORBLA, as reported in the literature for benign tracheobronchial
tumors, carcinoma in situ, minimally invasive endobronchial
lesions and typical carcinoid [5,18] can have a radical curative role
in the rare EMP of the trachea in carefully selected and well-
informed patients.
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