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solid organ malignancies, CSS, and ABPA [5]. Practical 
approach consists primarily the inquiry of history of drug use 
that could cause esosinophilia and the history of parasitic 
infection. If there is history of drug use, it should be stopped. 
If these conditions do not exist, other secondary reasons for 
hyperesoniphilia should be looked into [5]. Microscopic 
investigations of the faeces were carried out six times on 
separate days and serologic tests were asked for parasitic 
infections. The test results were negative. Furthermore, 
parasite or history of drug use that could cause Löffler 
syndrome was not present.    

Patients with asthma should be evaluated for CSS and ABPA in 
case of very apparent eosinophil [6,7]. Six criteria have been 
established by ACR for the diagnosis of CSS syndrome, 
including 1) Asthma; 2) Eosinophilia > 10%; 3) Mononeuropathy 
or polyneuropathy; 4) Pilmonary infiltrates on radiologic 
imaging; 5) Paranasal sinus pathologies; and 6) Pathologic 
ampling where extravascular eosinophilic infiltrations are 
shown [8]. Carrying four or more of these critera enable CSS 
diagnosis in patients who have already been proven to have 
vasculitis histapathologically [9]. Our case carried three of the 
ACC criteria (sosinophilia > 10%, eosinophilic tissue infiltration 
and ground glass nodules on thoracic CT) and did not have a 
histopathological diagnosis compatible with vasculitis. 
Moreover, CSS prodromal period findings were not present. 
Hence, CSS was not considered in our case. The diagnosis of 
ABPA, one of the causes of hyperesoniphilia, was excluded 
due to the normal value of T. IgE, having not detected 
aspergillus sensitivity on skin prick test, and negative value of 
aspergillus-specific IgE. A probable solid organ malignancy 
that could cause hyperesophilia was not considered in our 
case who did not have any complaints regarding weight loss 
and loss of appetite, on whose radiologic examinations, a 
primary malignancy was not detected, and whose 
sedimentation and tumor markers were normal. Blood 
eosinophilia can accompany organ-specific eosinophilic 
diseases, such as chronic eosinophilic pneumonia (CEP), 
eosinophilic gastroenteritis, and some dermatological 
disorders [5]. Dermatological and gastrointestinal 
involvement was not present in our case. Having not 

detected radiological findings compatible with CEP and 
having had no corticosteroid response had us move off from 
CEP diagnosis. “Familial HES” was not considered since 
there was no family history of HES. Myeloproliferative and 
lymphoproliferative malignancies were ruled out as a result 
of peripheral smear, bone marrow biopsy, flow 
immuncytometry, and cytogenetic investigations.     

If the underlying reason of eosinophilia is not detected, 
advanced diagnostic tests should be asked for to detect HES 
variants [5]. In most M-HES patients,  due to the interstitial 
deletion on the 4q12 chromosome, FIP1-like1 (FIP1L1) and 
platelet-derived growth factor receptor (PDGFR)α genes are 
caused to fusion, which results in the activation of tyrosine 
kinase [10]. FIP1L1-PDGFRα mutation was detected negative 
in our case. However, carrying four or more of the following 
eight characteristics in FIP1L1-PDGFRα negative HES cases 
is evaluated under: 1) the presence of dysplastic eosinophils 
on peripheral smear; 2) having serum vitamin B12 level over 
1000 pg/mL; 3) having serum tryptase level over 12 ng/mL; 
4) anemia, thrombocytopenia or the association of both; 5) 
hepatosplenomegaly; 6) over 80% cellularity in bone marrow 
biopsy; 7) the presence of dysplastic ast cells in bone marrow 
(being 25% more than spindle-shaped mast cells); 8) 
Myelofibrosis (having antireticuline anticore staining in bone 
marrow biopsy) [2]. M-HES diagnosis was not considered for 
our case since he did not carry the criteria apart from Vitamin 
B12 elevation. 

L-HES is characterized with nonmalignant expansion of T 
cell population that can produce eosinophilopoetic cytokine.    
IgE, IgM and IgG are generally detected high in L-HES cases 
[11]. Other frequently seen characteristics include 1) skin 
involvement; 2) frequent presenceof history of atopy; 3) 
glucocorticosteroid response is generally very good [12]. 
L-HES variant diagnosis was also not considered in our case 
as atopy was not detected, immunoglobulins were normal, 
and particularly there was no corticosteroid reponse in our 
case. After having excluded all secondary reasons that could 
cause hypereosinophilia and other diseases ranking among 
the sub-groups of HES, our case was diagnosed with complex 
undefined HES.  

Although all organs theoretically have the potential to 
infiltrate with eosinophils, cardiovascular, pulmonary, skin, 
nervous, and gastrointestinal sytems are the most frequently 
affected and pulmonary involvement is seen around 50% 
[13]. Only pulmonary involvement was present in our case.    

In FIP1/PDGFRα negative HES cases, first choice of treatment 
is corticosteroids. In cases that do not respond to corticosteroid 
treatment and those who cannot use this drug due to its side 
effects, many cytotoxic drugs have been used instead. 
Hydroxyurea is the most studied among all. However, its use 
as monotherapy shows limited benefit. Moreover, therapeutic 
effectiveness of effective immunomodulator treatments on 
Th2 type cytokines (IL5, IL-4) and treatments like cyclosporine 
and alemtuzumab on IFN-α have been shown in selected 
cases [2,11,14]. Imatinib mesilate is a tyrosine kinase 
inhibitor. It is used in the treatment of PDGFRα-related HES 

Figure 2. Bone marrow biopsy is cellular and dominance attracts 
attention in myeloid elements mostly eosinophilic series (x400, HE)
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that causes the activation of tyrosine kinase by generating the 
fusion of  FIP1/PDGFRα  genes. Its use on PDGFRα negative 
HES cases is limited [4]. However, imatinib can be considered 
second choice treatment in cases with no response to 
corticosteroid [5,15]. 

In FIP1/PDGFRα positive HES cases, response to imatinib is 
very quick. Eosinophil generally regresses to normal values 
within 1 week, and symptoms and findings improve in 1 
month. The dosage of imatinib is decreased to 100 mg/day 
when eosinophilia and its symptoms are under control. In 
FIP1/PDGFRα negative HES cases, a higher initial dose of 
400 mg/day can be needed [2]. Despite corticosteroid 
treatment, clinical response could not be received and 
eosinophil levels did not regress in our case, which led us to 
start imatinib treatment. After this treatment, an apparent 
clinical response was achieved in one week and eosinophils 
regressed to normal values. 

In conclusion, complex undefined HES is an ecartation 
diagnosis. Its differential diagnosis should be made with 
eosinophilic lung diseases which are pulmonary disease 
groups that progress with particularly peripheral eosinophilia 
or tissue infiltration. Imatinib should be definitely kept in 
mind in the treatment of these patients that do not respond to 
corticosteroid treatment.
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Abstract Tonsillar tuberculosis is a rare form of extra pulmonary tuberculosis. We reported a case with tonsillar tuberculosis secondary to 
pulmonary tuberculosis in this paper. A 26 year old, unimmunocompromised man admitted to head and neck surgery clinic with 
complaints of fever, throatache and difficulty swallowing. The patient was consulted by infectious diseases clinic because of 
examination findings and his history.  Asid fast basili was determined in tonsillar lesion smear, sputum and the patient was diagnosed 
as tonsillar and pulmonary tuberculosis. Antituberculous agents were started. Complaints of the patient were decreased and any 
adverse effect was developed. Treatment was completed in 9 months. In patients with long-term difficulty swallowing and fever, 
countries in which tuberculosis is prevalent, tonsillar tuberculosis should be considered, even if the patients were unimmunocompromised.

KEYWORDS: Tuberculosis, tonsillitis, pulmonary tuberculosis
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INTRODUCTION

Tuberculosis (TB) is a widely encountered infectious disease that may affect all organs and tissues. After vaccination 
applications and anti-TB treatments, a dramatic decrease has occurred in the incidence of the tuberculosis infection [1]. 
Upper respiratory tract infection is seen in approximately 2% of the cases with active tuberculosis [2]. Despite the 
decrease in incidence with the pasteurization of milk, it is not surprising to encounter tonsillar TB since tonsils are lym-
phoid tissues and they frequently come into contact with positive sputum due to localization in cases with active tuber-
culosis [3].

This study aimed to report a case presented with difficulty in swallowing and sore throat and diagnosed with tonsillar 
TB secondary to pulmonary tuberculosis.

CASE PRESENTATION

A 26-year-old male patient with no previously known ill-
nesses had applied to head and neck surgery polyclinic with 
fever, sore throat, and difficulty in swallowing and speaking 
complaints ongoing for five weeks. On examination, both 
tonsils were detected hypertrophic oropharynx and white 
plaques were seen on the tonsils (Figure 1). The patient, 
whose posteroanterior chest radiography was taken, was 
referred to infectious diseases polyclinic due to opacity 
increase in the left upper zone and the presence of suspect-
ed cavitation on radiography (Figure 2).

The patient was observed to be fatigued during his first 
examination. The patient who looked thin was found out to 
have lost approximately 9 kg in one month. Patient history 
revealed that TB was present in his father and older brother. 
Upon admission, patient’s temperature was 38.7°C and 
respiratory rate was 25/min. Extensive rale was heard in 

* The 7th Eurasia Congress of Infectious Diseases (EACID) 2015, Tbilisi, Georgia

Figure 1. Bilateral tonsils in the oropharengeal examination of 
the patient. 
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both lungs. Lymphadenopathy, approximately 1 x 1.5 cm 
and 1 x 2 in size, was detected on both anterior cervical 
chains. Throat culture was taken For microbial examination. 
When patient history was probed into, it was found out that 
the patient had applied to an infectious diseases polyclinic 
with the same complaints there weeks prior and oral antibi-
otics were prescribed with a diagnosis of bacterial tonsillitis 
but no culture was taken.

Laboratory results upon admission were as follows: white 
blood cell count 4200/mm3, hemoglobin 8.9 mg/dL, hemato-
crit % 37.5, erythrocyte sedimentation rate 45 mm/sa, 
C-reactive protein 2.5 mg/dL, serum alanine aminotransferase 
41 IU/L, and serum aspartate aminotransferase 38 IU/L. 
Human immunodeficiency virus (HIV) of the patient was 
detected negative with enzyme linked immunosorbent assay 
(ELISA).

In the smear of the plaques and sputum of the patient, 
acid-resistant bacilli (ARB) were detected positive (Figure 3).  

The patient was started on anti-tuberculosis treatment (300 
mg/day isoniaside, 600 mg/day rifampicin, 1200 mg/day 
ethambutol, 1500 mg/day streptomycin) with a diagnosis of 
tonsillar tuberculosis secondary to pulmonary tuberculosis. 
No side effects related to treatment developed. In the mean-
time, microbacteria growth was established in the sputum 
culture. Examination findings of the patient regressed in the 
first month of the treatment and the plaques on the tonsils 
disappeared. The treatment of the patient was completed in 
nine months. The patient gave consent to the presentation of 
this case that was diagnosed late. 

DISCUSSION

Extrapulmonary localization of tuberculosis is seen very rare-
ly and tonsillar lesions are even rarer [1,4]. Upper respiratory 
tract is protected thanks to the inhibitor effect of the sputum 

on TB bacillus. The presence of saprophytes, the fact that 
striated muscles antagonize bacterial invasion and the pro-
tective epithelium of the oropharyngeal mucosa create an 
inhibitor effect on bacillus [1,5]. However, oral TB may 
develop as a result of drinking contaminated milk and the 
agent is frequently M. bovis. Oral TB in adults develops sec-
ondary to pulmonary TB [6]. It is our belief that since our 
patient had ARB (+) pulmonary tuberculosis, the reason was 
positive sputum exposure. 

Extrapulmonary tuberculosis can be seen as a result of 
decreased host response related to chronic alcoholism, long-
term steroid use, chronic obstructive pulmonary disease 
(COPD), diabetes, chronic renal failure, pregnancy, and HIV 
infection [7,8]. Patient history did not include any use of 
immunosuppressant agents and when the patient was evalu-
ated for HIV, anti-HIV negativity was established. However, 
TB history was present in the patient’s family.  

Oral tuberculosis lesions can be seen in forms of ulcer, nod-
ule and plaque [9]. The most frequently encountered form of 
tonsil TB is the ulcer form and the patient had bilateral white 
plaques. Due to the similarity of the symptoms and abnormal 
tonsil findings, tonsil TB shows resemblance to malignant 
tumors and differentiation of the two can be difficult. 
Traumatic ulcerations, actinomyces, syphilitic ulcers and 
Wegener granulomatosis are other diseases that should be 
considered in differential diagnosis [4,5]. 

Radiological evaluation of the lungs, serologic tests, bacterial 
and fungal cultures and direct ARB evaluation of the lesion 
and the sputum are adjuvant methods in diagnosis. Dental 
practitioners and head and neck surgery specialists should be 
attentive to oral TB in patients who are in close contact with 
people with low socio-economic level, history of smoking 
and who are known to have TB, especially in countries 
where TB prevalence is high. In the present case study, the 
patient was referred to infectious diseases polyclinic with a 
preliminary diagnosis of tonsil TB after having applied to the 
head and neck surgery polyclinic.  

Figure 2. Cavitary lesions in the posteroanterior chest radiograpghy 
of the patient.

Figure 3. Acid-resistant bacilli in the sputum sample.
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In conclusion, TB is a serious and life-threatening disease, 
which should be kept in mind in differential diagnosis in the 
presence of an infectious case in countries where TB is 
endemic. In the presence of bilateral but non-proportional 
tonsil hypertrophy accompanied by cervical lymphadenopa-
thy, TB should be considered in differential diagnosis even if 
the patient’s immune system is strong.   

There is no conflict of interest among authors in this case 
report and no financial support has been received.

Author Contributions: Concept - C.K.; Design - E.K.K.; Supervision - 
E.K.K.; Resources - E.K.K.; Materials - C.K; Data Collection and/or 
Processing - E.K.K.; Analysis and/or Interpretation - E.K.K.; Literature 
Search - E.K.K.; Writing Manuscript - E.K.K.; Critical Review - C.K.

Conflict of Interest: No conflict of interest was declared by the 
authors.

Financial Disclosure: The authors declared that this study has received 
no financial supports.

REFERENCES
1.	 Jadia S, Chauhan AN, Hazari RS, et al. An unusual cause of recur-

rent tonsillitis. BMJ Case Rep 2010;2561 
	 doi: 10.1136/bcr.12.2009.2561. [CrossRef]

2.	 Suryakant, Verma SK. Sanjay: isolated tonsil tuberculosis. Lung 
India 2008;25:163-4. [CrossRef]

3.	 Jana U, Mukherjee S. Tuberculosis of tonsil- a rare site involve-
ment. Indian Journal of Otolaryngology and Head and  Neck Sur-
gery 2003;55:119-20. [CrossRef]

4.	 Güler ZM, Çapan N, Botan Yıldırım B, et al. Pulmoner tüber-
küloza sekonder tonsil tüberkülozu. Solunum Hastalıkları 
2011;22:69-72. [CrossRef]

5.	 Anadolu Y, Çalgüner M, Altoparlak İ, et al. Sekonder tonsil 
tüberkülozu: olgu sunumu. KBB ve BBC Dergisi 2003;11:25-8. 
[CrossRef]

6.	 Chakravarti A, Pal S, Sahni JK. Primary tuberculosis of tonsil and 
posterior oropharyngeal wall. Indian J Tuberc 2008;55:48-50. 
[CrossRef]

7.	 Taşova Y, Saltoğlu N, Mıdıklı D ve ark. Erişkinde 98 extrapulmoner 
Tb olgusunun değerlendirilmesi. Klinik Dergisi 2000;13:17-23.

8.	 Chawla K, Gupta S, Mukhopadhyay C, et al. PCR for M. tubercu-
losis in tissue samples. J Infect Developing Countries 2009;3:83-7. 
[CrossRef]

9.	 Köksal D, Arıcan T, Dursun G ve ark. Akciğer tüberkülozu-
na seconder gelişen dil tüberkülozu. Tüberküloz ve Toraks 
1999;47:228-30.



125
Address for Correspondence: İhsan Ateş, Ankara Numune Eğitim ve Araştırma Hastanesi, İç Hastalıkları Kliniği, Ankara,Türkiye
Phone: +90 312 508 46 75   E-mail: dr.ihsanates@hotmail.com
©Copyright 2016 by Turkish Thoracic Society - Available online at www.turkishthoracicjournal.com

Abstract Coexistence of two or more primary cancers is a relatively rare case. Not with standing that the coexistence of multiple primary cancers 
is often discussed in the literature, there is a small number of publications concerning the coexistence of squamous cell lung 
carcinoma and renal cancer. In this case report, detection of both squamous cell lung carcinoma and primary renal cancer in one male 
patient is going to be discussed.
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INTRODUCTION

Cancers grown at more than one focuses are multiple primary cancers (MPC). MPC was documented for the first time 
in 1889 by Billroth et al. Warren used MPC definition, afterwards [1,2]. MPC can be classified as synchronous and 
metachronous. If primary tumors were diagnosed at the same time or within six months, they are called as synchronous 
cancer; if second primary tumor is diagnosed after six months of diagnosis of the primary tumor, it is called as 
metachronous cancer [3]. Many MPC’s were reported in the literature. Although primary squamous lung cell 
carcinomas or renal cancer cases are very frequent, synchronous presentation of the squamous cell histologic subtypes 
of these cancers is very rare. In this case report, primary squamous lung cell carcinoma and synchronous renal cancer 
will be reported.

CASE PRESENTATION

A 55-year-old male patient with respiratory disorder and haemoptysis symptoms admitted to the clinic. In the chest 
radiograph an approximately 6 x 7 cm mass adjacent to the left hilum was detected and patient was directed to us 
(Figure 1). In the patient’s history, there wasn’t any known chronic illness and drug use but the patient was smoking 
40 packs in a year. In family history, there was no malignancy. On physical examination; patient’s fever was taken as 
36.3°C, pulsation 105/min, blood pressure 100/60 mmHg and respiratory rate as 16/min. During lung auscultation; 
bilateral diffuse rhonchus and a decrease in the lung sounds at lingula were detected. In the laboratory tests: white 
blood cell 13.38 x 103/µL, hemoglobin: 12.5 mg/dL, platelet: 519 x 103/µL, total calcium: 12.7 mg/dL, erythrocyte 
sedimentation rate: 17 mm/h and C-reactive protein: 13 mg/L were found. In thoracic computed tomography (CT), 
central soft tissue densities that show nodularity in patches at the left hilar level and cavitary lesions with irregular inner 
contour, with 6.5 x 8 cm of axial extent, forming pleural retraction that abutting fissure at the upper lobe segments were 
identified (Figure 2a). Also an approximately 9 cm lesion was detected in the lower 1/2 part of the right kidney within 
the upper abdominal organ section (Figure 2b). Through the positron emission tomography (PET-CT) an approximately 
80 x 70 x 78 sized mm mass (SUV max: 17) that its boundaries cannot be well-defined from the left pulmonary artery 
which encircles the main left bronchus and its branches extend from the hilus of the left lung to the lateral costal pleura. 
In the lower 1/2 segment of the right kidney, a 9 cm sized mass (SUV max: 19) was detected. According to these 
symptoms bronchoscopic biopsy was conducted on the lower end of the left main bronchus in another hospital via 
fiberoptic bronchoscopy. A sample was taken via tru-cut biopsy conducted on the lesion in the right kidney. With 
reference to the lung and kidney biopsy results, non-small cell lung carcinoma (favoured with squamous cell 
carcinoma) and renal cell carcinoma were determined, respectively (Figure 3a,b). 
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As regard to synchronous squamous lung cell carcinoma 
and renal cell carcinoma, gemcitabine-cisplatin-interferon 
treatment was started. Upon the suggestion of radiation 
oncology department, radiotherapy was planned due to 
massive hemoptysis.

DISCUSSION

Although MPC’s are rarely seen, its incidence has steadily 
increased with the advancing imaging techniques. Incidence 
rate was indicated as 0.73-11.7% in the recent publications[4]. 
MPC cases are mostly seen in lung, genitourinary, hepatobiliary 

Figure 1. Posterior-anterior and lateral chest radiograph.

Figure 2. Computed tomography image, (A) renal mass, (B) lung mass.

Figure 3. Pathology images, (A) renal cell carcinoma pathology images, (B) squamous cell carcinoma. 
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and gastrointestinal tracts [4-6]. The most common primary 
tumor regions that synchronize with lung cancer are lung 
(31%), head and neck (20%) and uroepithelial (11%) tissues 
[7]. In the literature, coexistence of lung cancer with primary 
renal tumors is less common than other uroepithelial tumors. 
There may be an agent involved in the aetiology that causes 
both these primary cancers. In our case, this agent was 
smoking which is carcinogen for both lung and kidney. We 
come across four cases and a population-based study about 
this coexistence in the literature. In the community-based 
study, patients who were diagnosed with primary renal 
cancer were studied for 12 years to observe secondary 
primary cancer development. Synchronous tumors were 
observed in 53 out of 1425 patients. Primary lung cancer was 
observed in 8 of them (15.09%) [8]. 

Synchronous lung and renal cancer were detected in patients 
whose chest X-Rays were taken due to another reason in the 
case study presented by Libby et al. In the case study 
presented by Otsuki et al., patient with lesions on the kidney 
and adrenal gland were investigated; renal clear cell 
carcinoma and metastatic adenocarcinoma in the adrenal 
gland were detected [9]. Along with further investigation, a 
mass lesion was detected in the lung and they were identified 
as primary lung adenocarcinoma [10]. Similarly, in Farrero 
and Ferrigno D. ‘s cases, synchronous lung and renal cancers 
have been diagnosed [11,12].

We presented this case due to synchronous primary renal 
cancer to primary lung cancer is a rare condition as it’s 
understood from the researches available in the literature. 
Our case was presented with dyspnoea and haemoptysis. 
Further investigations were made based on the lesion 
diagnosed in neighbourhood of the left lung hilum via chest 
X-Ray. In the imaging of the lung, lesion in the right kidney 
was observed in cross sections. At first sight, lung cancer 
metastasis was considered. Via bronchoscopic and tru-cut 
biopsies, primary squamous lung cell cancer and primary 
renal cell cancer were diagnosed. Gemcitabine-cisplatin-
interferon combination therapy was given to the patient and 
radiotherapy was planned for massive hemoptysis.

Not with standing that the coexistence of primary renal 
cancer and primary lung cancer have a narrow coverage in 
MPC’s, metastasis to each other is significant. Due to the fact 
that metastasis and primary cancer treatments differ from 
each other, the possibility of primary cancer should be 
considered when a lesion is detected on any of them.

Author Contributions: Concept - İ.A., O.Y., H.A.; Desing - İ.A., O.Y., 
H.A.; Supervision - İ.A., O.Y., H.A., D.Y., A.N.Ö., Y.A., N.Z.; Funding 
- İ.A., O.Y., H.A., D.Y., A.N.Ö., Y.A., N.Z.; Materials - İ.A., O.Y., H.A. 
D.Y., A.N.Ö., Y.A., N.Z.; Data Collection and/or Proccessing - İ.A., 
O.Y., H.A., D.Y., A.N.Ö., Y.A., N.Z.; Analysis and/or Interpretation - 
İ.A., O.Y., H.A., D.Y., A.N.Ö., Y.A., N.Z.; Litarature Review - İ.A., 
O.Y., H.A., D.Y., A.N.Ö., Y.A., N.Z.; Writer - İ.A., O.Y., H.A.; Critical 
Review - İ.A., O.Y., H.A., D.Y., A.N.Ö., Y.A., N.Z.

Conflict of Interest: The authors declare that they have no conflict 
of interest. All subjects were provided informed written consent prior 
to participation in the report.

Financial Disclosure: The authors declared that this study has 

received no financial supports.

REFERENCES
1.	 Billroth T. [General surgical pathology and therapy. Guidance 

for students and physicians. Lecture]. Khirurgiia (Mosk) 
1991:136-43. [CrossRef]

2.	 Warren S, Ehrenreich T. Multiple primary malignant tumors 
and susceptibility to cancer. Cancer Research 1944;4:554-70. 
[CrossRef]

3.	 Martini N, Melamed MR. Multiple primary lung cancers. J 
Thorac Cardiovasc Surg 1975;70:606-12. [CrossRef]

4.	 Luciani A, Balducci L. Multiple primary malignancies. Semin 
Oncol 2004;31:264-73. [CrossRef] 

5.	 Hu NC, Hsieh SC, Chen TJ, Chang JY. Multiple primary 
malignancies including colon, stomach, lung, breast, and liver 
cancer: a case report and literature review. Chin Med J (Engl) 
2009;20:122:3091-3. [CrossRef] 

6.	 Koutsopoulos AV, Dambaki KI, Datseris G, Giannikaki E, 
Froudarakis M, Stathopoulos E. A novel combination of multiple 
primary carcinomas: urinary bladder transitional cell carcinoma, 
prostate adenocarcinoma and small cell lung carcinoma-report 
of a case and review of the literature. World J Surg Oncol 
2005;3:51. [CrossRef]

7.	 Duchateau CS, Stokkel MP. Second primary tumors involving 
non-small cell lung cancer: prevalence and its influence on 
survival. Chest 2005;127:1152-8. [CrossRef]

8.	 Beisland C, Talleraas O, Bakke A, Norstein J. Multiple primary 
malignancies in patients with renal cell carcinoma: a national 
population-based cohort study. BJU Int 2006;97:698-702.  
[CrossRef]

9.	 Libby DM, Altorki NK, Gold J, Pitts WR Jr, Bander NH, Frankel 
SS. Simultaneous pulmonary and renal malignancy. Chest 
1990;98:153-6. [CrossRef]

10.	 Otsuki H, Ito K, Kosaka T, et al. [Adrenal metastasis of lung 
adenocarcinoma with unusual sites of lymph node metastasis 
and concomitant renal cell carcinoma: a case report]. Hinyokika 
Kiyo 2007;53:879-82. [CrossRef]

11.	 Farrero E, Valldeperas J, Monasterio C, Manresa F. [Synchronous 
pulmonary and renal neoplasms]. Med Clin (Barc) 1991;26:97:558. 
[CrossRef]

12.	 Ferrigno D, Buccheri G. Synchronous pulmonary and renal 
cancer. Chest 1991;100:587. [CrossRef]



128
Address for Correspondence: Ümit Aydoğmuş, Pamukklale Üniversitesi, Tıp Fakültesi, Göğüs Cerrahisi Anabilim Dalı, 
Denizli, Türkiye   Phone: +90 258 296 60 00   E-mail: mdaydogmus@yahoo.com
©Copyright 2016 by Turkish Thoracic Society - Available online at www.turkishthoracicjournal.com

Abstract Inflammatory myofibroblastic tumor (IMT) is a rare neoplasm, which is derived of mesenchymal origin. Here we present an adult case 
with IMT, the origin of which was considered to be right inferior pulmonary vein. A male patient who was 52 years old, admitted to 
our outpatient clinic with the complaint of shortness of breath. He had cigarette smoking history for 30 years. On direct posterior - 
anterior X-Ray of the chest, a well-circumscribed mass with calcification in right hilum of the lung was observed.  There was a mass 
which was extending to the inferior inferior pulmonary vein from right hilum of the lung, was measured 70 x 60 mm on computed 
tomography of the chest. Hamartoma, teratoma and Castleman Disease were among the possible diagnoses. On diagnostic 
bronchoscopy, signs of pressure from outside to the bronchi of the right middle and lower lobe was observed. Surgical excision is 
decided and the mass was totally excised through a muscle-sparing thoracotomy. The mass thought to arise from the inferior pulmonary 
vein on intraoperative inspection and right inferior lobe excision is undertaken by intrapericardial approach. No postoperative 
complication is encountered. Histological examination of the mass indicated inflammatory myofibroblastic tumor. Main treatment of 
IMT is surgical excision with negative surgical margin. Here in we present an IMT which is encountered at an unexpected location is 
excised completely with right lower lobe excision by an intrapericardial approach.

KEYWORDS: Inflammatory myofibroblastic tumor, rare lung neoplasm, benign lung neoplasm
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INTRODUCTION

Inflammatory myofibroblastic tumor (IMT) is a rare neoplasm of mesenchymal origin. As well as being locatedgenerally 
in the lungs of children and adolescents, it can be seen nearly everywhere in the body. Tumors of pulmonary and, more 
rarely, cardiac origin are seen in the adult period. Locally invasive and noninvasive forms have been defined for the 
ones located in the lungs[1]. 

This study aimed to present a case with IMT completely resected by thoracotomy, which was perhaps directly rooted 
from right inferior pulmonary vein (RIPV) and invaded the RIPV macroscopically, and to discuss diagnosis and 
treatment options in cases with IMT located in the thorax.

CASE PRESENTATION

A 52-year-old male patient presented to the chest disease clinic with a complaint of dyspnea. The patient had been 
smoking for thirty years. There was no previous disease in patient’s history. Coarse rales were heard in the right lower 
zone on auscultation. 

A smoothly-marginated lesion showing calcification in the right hilar region was seen on chest radiography (Figure 1A, B). 
A hypodense, smoothly-marginated mass, 70 x 60 mm in size, involving calcification and stretching out to the inferior 
pulmonary vein was seen on computed tomography (Figure 2). Findings of external pressure on mid-right and lower-right 
lobe were detected on bronchoscopy performed for probable diagnoses of hamartoma, teratoma and Castleman disease. 

Biochemical evaluation was as follows: C-Reactive Protein: 7.67 mg/dL, WBC: 10950/mm3, 1 hour erythrocyte 
sedimentation rate: 49, and hemoglobin: 14.2 g/dL. First second force expiration volume (FEV1) of the patient was 1540 
mL (49%), force vital capacity (FVC) was 2510 mL (65%), FEV1/FVC was 61, residual volume was 3280 mL (158%), and 
total lung volume was 6470 mL (106%) in the best respiratory function test of the patient while using a bronchodilator.  

Surgical resection of the tumor was planned and was completely excised with muscle-protecting thoracotomy. It was 
observed during intraoperative evaluation that the tumor was well-marginated; however, while it could be dissected 
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from the lung parenchyma with a good margin, it did not 
allow for a dissection in the inferior pulmonary vein region 
(Figure 3A). Hence, intrapericardial right-lower lobectomy 
was performed. There were no postoperative complications.  

Pathologically, a nodular, solid, calcified, brown mass leaning 
against the pulmonary vein, approximately 6.5 x 5 x 5 cm in 
size, was seen in the lung on macroscopic examination 
(Figure 3B). On the external surface of the material, nodular 
protrusions in the visceral pleura covering the lesion drew 
attention. Lung parenchyma was normal in regions without 
the lesion. On the myxoid collagenous bed, a tumoral 
proliferation, with a fusiform nucleus, generated by cells 
showing minimal pleomorphism, which created random 
bundles in some regions, was seen. Plasma cells and 
lymphocytes generating lymphoid follicles in some regions 
were observed on the tumor bed (Figure 4). The number of 

mitoses per 50 high-power fields were two in the microscopic 
examination. While actin was found positive on 
immunohistochemical examination, desmine, p53, HHV-8, 
CD117 and ALK were found negative. CD34 was detected 
positive around vascular regions and in Bcl-2 lymphocytes. 
Ki-67 proliferation index was found as 3%. IMT diagnosis 
was made with these findings. 

There are no recurrent findings in the patient who is in his 
ninth month after resection (Figure 1C).

DISCUSSION

Among the primary pulmonary regions of the adult period, 
IMT is a rarely encountered tumor with a rate of less than 
1%. 44% to 78% of the cases of pulmonary origin are 
symptomatic [1,2,3]. Cough, fever and dyspnea are frequently 
seen signs [1,2,3]. IMT of cardiac origin is mostly in the form 

Figure 1. (A) Pre-operative PA chest radiography of the patient, (B) Pre-operative lateral chest graphy of the patient, (C) Post-operative PA chest 
radiography of the patient.

Figure 2. Thoracic CT sections of the patient. 

Figure 3. (A) Pulmonary vein branch continuing to the lung parenchyma from within the mass, (B) Vein branch progressing into the mass.
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of polypoid lesion with small myocardial infiltrations [4]. 
There is no specific symptom and it can show signs according 
to the location site [5]. IMT associated withheart valves and 
coronary arteries can progress fatally [4]. 

Radiologic findings also vary just as the symptoms. According 
to Argons et al., IMT is generally seen in the lower lobes as a 
solitary, peripheral mass with sharp margins, and invasion, 
mediastinum involvement and invasion of the hilar structures 
are extraordinary symptoms [6].  Melloni et al. [3] have 
specified that lesions are 3 cm and under in 61% of the cases 
and that radiologically, lesions with pneumonic infiltrations in 
the lower lobes are seen in 28% of the cases. Yet, in a series 
of Cerfolio et al. [1], mean tumor diameter of the cases is 4 cm 
(between 1 and 15 cm) and lesions of 48% of the cases are 
masses. Since a high rate of the patients was symptomatic in 
the series of Cerfolio et al. [1], it makes us think that symptoms 
may be associated with not only the location of the lesion but 
also with its size. Radiologic findings show differences in 
invasive and noninvasive forms of the lesion, which also 
asserts mortality suspicion. Hirai et al. [7] have detected 
irregularly-marginated lesions in 36%, spicule contour lesions 
in 18% and lesions showing pleural notch in 18% of the 
patients, and emphasized that it is difficult to differentiate IMTs 
from primary pulmonary cancers. FDG-PET may be helpful in 
malignity differentiation; however, it should not be forgotten 
that its specifity is low in cases with acute, active inflammation 
[7]. Calcification is not generally seen in small lesions. Fabre 
et al. [2] have reported calcification in 6 of the 7 patients with 
lesions larger than 4 cm. The tumor was 6.5 cm in our case 
and showed intense calcification, and thus, FDG-PET was not 
performed. Pulmonary lesions that may cause calcification 
(like hamartoma, teratoma and Castleman disease) were 
considered in differential diagnosis. There is no specific 
distinguishing characteristic in cardiac lesions. 
Echocardiography is generally used in diagnosis [4,5]. While 
the ones located in the left atrium may lead to pulmonary 
edema, the ones located in the right atrium may cause vena 
cava inferior thrombosis, liver congestion or vena cava 
superior disease [4,5]. 

Bronchoscopy and transthoracic needle biopsy (TTNB) are 
mostly not helpful in diagnosis. In the series of Fabre et al. 
[2], diagnosis was made with bronchoscopy in 16% of the 

patients and with TTNB in 8% of the patients. Therefore, 
surgery is generally necessary in diagnosis and treatment [1]. 
Videothoracoscopic surgical resection with stable surgical 
margins is a good option in solitary pulmonary nodules [7]. 
Surgical excision is a diagnostic and treatment option in the 
ones with cardiac origin [5].

Some cases may progress locally invasive and invade the chest 
wall and mediastinal structures [1,2,7]. IMT, which is a rare 
tumor of mesenchymal origin, can be seen in nearly everywhere 
in the body [8]. Macroscopic findings of our case suggested 
that it may have been resulted from RIPV (Figure 3). No matter 
where it originates from, the main treatment of IMT is 
surgical excision [1-3,8]. The efficiency of nonsurgical 
treatments has not been established [3]. Local recurrence is 
very low in IMT of pulmonary origin; however, up to 25% 
recurrence can be seen in extrapulmonary IMT [4]. Survival 
is poor in both cardiac and pulmonary recurrences [1,3,4]. 

In conclusion, IMT is a rare neoplasm that may show 
radiologic resemblance to both benign and malignant lesions 
of the lungs with regard to localization, characteristics and 
size of the lesion. Despite being seen rarely and the low 
number of cases in series, the consensus is that a complete 
surgical resection is necessary for long-term survival. 

Written consent was obtained from the patient for all 
interventions performed. The consent also include the use of 
findings and images related to his disease for scientific and 
educational purposes.
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Figure 4. Fusiform cell proliferation infiltrated with lymphocyte and 
plasma cells X10, H&E.


