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Peslome

OnucaH e ciyyanm Ha pgobpoKayecTBeH Tymop Ha 6enva Apob npu 74-roguviuHa eHa.
DopmauunaTa e nokanuMsupaHa B JiyMeHa Ha OGpoHxa 1 pe3euypaHa Mo Bpeme Ha BGpOHXocKonus.
MaKpOoCKOMNCKMN TYMOPBT € C NanuiomaTo3eH Bug v pa3mepwu 0,8/0,3/0,2 cm. XrcTonorvsaTa nokasa fobpe
OTrpaHnyYeHa ne3ns, U3rpageHa ot ABe 4oO6POKAaYeCTBEHN KOMMOHEHTU: afeHOMaTO3Ha 1 Grbpo3Ha.
KapTuHaTa cboTBeTCTBA Ha aieHOPUOPOM Ha 6enna apob.

MaumneHTKaTa 6e NnpocneneHa, 6e3 naHHM 3a peunanem 20 mecela cnef OTCTpaHsABaHe Ha obpa-
3yBaHueTo.

OO6CbXAaT ce XMCToreHesaTa Ha Tymopa U pa3nyHy AndepeHUManHo-ANarHoCTUYHY aceKTy.

KniouoBu Aymn: aFIEHOd)I/I6pOM, 6pOHXOCKOI'I nAa, EH,D,O6pOHXI/IaJ'IHO, XUCTOreHesa, peseynpaHa
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Abstract

We report a rare case of benign pulmonary tumor in 74-years-old female. The lesion was found in
bronchial lumen and was resected endoscopically during a bronchoscopic examination. Grossly, it was a
solid papillomatous mass with dimensions 0,8/0,3/0,2 centimeters. Histology revealed wellcircum-
scribed tumour, composed of two benign elements: glandular and fiboromatous components. Histologic
diagnosis was pulmonary adenofibroma.

The patient was tracked and she remained in good health with no evidence of recurrence 20
months after the bronchoscopic resection.

The possible histogenesis and various differential diagnostic aspects are discussed.
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YBopg

benogpobHusT ageHodnbpom e pgobpoka-
yecTBeH bndaseH TyMop, n3rpageH oT enuTesiHa
1 Me3eHXUMHa KOMMOoHeHTW. EnutenHata e npea-
CTaBeHa OT GPOHXMANHN aeHOMAaTO3HU Nanuso-
MaTO3HU CTPYKTYpU, @ Me3eHX1MMHaTa — oT Gpu6-
pO3Ha TbKaH.

B nutepatyparta ca onucaHu okono 10
ageHooubpoma C Ta3m nokanm3aums y nauneHTn
BCpefHaBb3pacT(2).

CobluyecTByBaT MPOTMBOPEUMBY AAHHY 33 XUC-
TOreHesaTa Ha Tymopa: Cropep HsKou aBTopwu
TOW MMa XamMapTOMAaTO3€eH MPOU3Xoh, a ApYyru
CyuTaT, Ye e rnceBAonanuIapeH BapraHT Ha Co-
nuTapHna GnbposeH Tymop (2).

KnvHuyHaTa KapTvHa Bapupa OT fmnca Ha
CUMMTOMM A0 FpbAHa 60JKa, CbyeTaHa C Kaluiu-
ua 1 xemonTtusa. IHCTpymeHTanHuTe n3cnenBa-
HMA ca HecreyndnyHK, KaTo B 6ONLUNHCTBOTO OT
cnydyaunTe, popmaummTe ca nepudepHo pasmno-
noxeHu. LIanocTHOTO XMPypruyHo OoTCTpaHABa-
He rapaHTupa OT/IMYHa NPOrHO3a 3a NaUMeHTa.

OnuncaHne Ha cnyvasn

MpenctaBaAme cnyvaln Ha ageHodUOpPoOM Ha
6poHxa Npu 74-roguiHa NauMeHTKa, HemnyLay-
Ka. Ta nocTbnBa B benogpobHoTo oTaeneHne Ha
V MBAJ], rp. Codua, I3 N2 11593/13 1, c onnak-
BaHMA OT Kalwnuua C AaBHOCT efHa roAuHa, C
KbBNTO-3€NeHNKaBa eKcnekTopayums.

MwuHanu 3abonsasaHus - apTepuanHa xunep-
TOHMUA.

JlokaneH cTaTyc — cUMeTpUYeH rpbAeH KoL,
COHOpEH NepKYTOPEeH TOH, HaManeHa pecnupa-
TOpHa nopaBUXHOCT. lPy6o Be3uKynapHo Au-
LWaHe ¢ Ape6HUN BNaXKHN U e[UHUYHUN CYXU CBUP-
KaLly Xpunose ABYCTPaHHO Y KbM OCHOBUTE.

JlabopaTopHU paHHU: neBkountn 16.1; rpa-
Hynouutn 12,5; xemorno6uH 132.0; eputpouutu
4,57; xematokpuT 0,425; TpomboumnTn 425.0; CYE
68.5;rnoKo3a 9, 1.

PeHTreHorpadus Ha rpbaeH Kol v 6env gpo-
60Be: NTbTHA OKPbIIeHa CAHKA B JisiBaTa XUJTyC-
Ha 06/1aCT 1 MEeTHUCTU CEHKM MO XOAa Ha UHTep-
no6aBnsBo.

Exorpaduata Ha KOPEMHU OpraHn couun Ha-
YasnHU CTeaTo3HM MPOMEHM Ha YepHUA Apob; Xo-
nenvnTtnasa; ABycTpaHHa Hepponmutnasa.

Our. 1-2. bpoHxockonu.
Fig. 1-2. Bronchoscopic examination.

Introduction

Pulmonary adenofibroma is a benign bipha-
sic tumour composed of epithelial and mesen-
chymal components. The epithelial part is pre-
sented by bronchial adenomatous structures
and mesenchymal -fibrous tissue.

We found about 10 reported adenofibromas
in the literature with this localization in middle
aged patients (2).

Thereis conflicting dataabout the histogene-
sis of the neoplasm. According to some authors it
has hamartomatous origin, while others consi-
der it's a pseudopapillary pattern of solitary fib-
roustumour (2).

The clinical manifestation varies from asymp-
tomatic to chest pain, combined with cough and
hemoptysis. The instrumental examinations are
nonspecific as in the most of the cases it is a pe-
ripherally located lesion. Complete surgical ex-
cision ensures excellent prognosis for the pati-
ent.

Case presentation

The authors present an endobronchial ade-
nofibroma of the lung in 74-years-old female,
non- smoker. She was admitted in the Pulmology
Department of 5th City Hospital, Sofia. The
patient had cough symptoms prescripted since
12 months and yellow-greenish expectoration.

Previous diseases -arterial hypertension.

Local status — symmetrical chest wall, hyper
resonance percussion tone, reduced respiratory
mobility. Harsh vesicular breathing with rales
and wheezing bilateral.

Laboratory data: white blood cells 16.1; gra-
nulocytes 12.5; hemoglobin 132.0; red blood
cells 4.57; Ht 0.425; platelets 425.0; ESR 68.5;
glucose9.1.

Chest X-ray - homogenous oval shadow in
the left hilus area and small spot-like shadows in
theleftinterlobe.

Ultrasound examination of the abdominal
organs: liver steatosis; cholelithiasis; bilateral ne-
phrolithiasis.




OT npoBefeHaTa OPOHXOCKONUSA Ce YyCTaHo-
BVIXa [aHHM 33 XPOHMYEH BPOHXUT ABYCTPAHHO,
C HEOOWUNHU CNTY3HO-THOWHM ceKpeTu. B nesums
rnaBeH OPOHX, Ha 3 CM OT TpaxeanHuA pasgen —
Hajnyve Ha ManuiomMaTo3HO obpa3lyBaHue C
pa3mepu 5/3/2 mm, KoeTo ce peseunpa eHfo-
ckoncku (dur. 1-2).

XuctonornyHo mscnegBaHe N23660/13 r:
nonunoungHo obpasysaHue C paamepu 5/3/2 mm,
C NNBTHO-eMlacTUYHA KOHCUCTEHUMA, Tanmuupa-
HO OT UWANHAPWYEH pecrnmpaTopeH enuTten; n3-
rpageHo oT OPOHXMUANHM »Kne3u, 3a00UKOoNeHN
OT CHOMNYeTa BPeTEHOBUAHY KNeTku, 6e3 6enesn
Ha KNneTbueH atunusbm (dur. 3-4). OnbpomaTos-
HUTe yyacTbLM ca NO3UTVBHY NPU OLBeTsABaHe-
TO 3a KonareH novan Gieson.

IAunarHosa: EHpo6poHxuaneH ageHodrnbpom
Ha neBus 6an opo6.

Bronchoscopic examination shows chronic
bronchitis with mucopurulent exudates. In the
left main bronchi about 3 cm from tracheal
section there was presence of papillomatous
formation with size 5/3/2 mm, which was
endoscopically resected (Fig. 1-2).

Histological examination N2 3660/13: poly-
poidy formation with size 5/3/2 mm with tight
elastic consistency, covered with respiratory epi-
thelium; comprising from bronchial glands, sur-
rounded by spindle cells without signs of cellular
atypia (Fig. 3-4). The fibromatous areas are positi-
vefor collagen staining van Gieson.

Diagnosis: Endobronchial adenofibroma of
theleftlung.

Our. 3-4. Pulmonary adenofibroma composed of epithelium and fibrous component.
Fig. 3-4. Pulmonary adenofibroma composed of epithelium and fibrous component.

! A -

O6c¢cbXKaaHe

ApeHodnbpomMbT Ha 6enna Apob e onucaH 3a
nbpBu NuT oT Scarff 1 Gowar npe3 1944r (4).
XvcToreHesata Ha TO3M pAABbK TYMOPEH npoLec
npopbsiXKaBa Aa 6bae 06eKT Ha febatu (2). Scaff
1 Gowar TBbPAAT, Ye Ne3raTa NpUHaaNexu KbM
XOHApOMMTE Ha 6enusa apod (4).

Mopagn HanMuMeTo Ha He3psAna XpyLasiHa
TbKaH B HabnofgaBaH oT TAX cnyyan Butler n
Kleinerman, npegnonarat, ye ageHodpnO6POMBT
He e TYMOpPEH NPoLiec, a CMyLLEeHE B Pa3BUTUETO
(3). Stone n Churg, nscnegBanky NOKPUBHMUA
enuTten npuv Teau popmaumm, HanofobsABaLL To3m
npe3 eMOPVOHaNHNA CTaguin B pPa3BUTMETO Ha
6enva apob, NofgKpenAT TesaTa 3a CMeceHus
npowu3xog Ha 06pa3yBaHMETO — eNUTENEH U Me-
3eHXxUMmeH (6). Suster v Moran, uscnegsankm numy-
HOXVCTOXVUMMUYHO ABa CJlyyasi Ha ageHodubpom
3aKJII0YaBaT, Ye Te3n TyMopu npefcTaBisBaTt
He3psana ¢opma Ha 6enoapobHNTE XaMapToOMM
(7). To3n $pakT e NnogKpeneH oT CNOoCcobHOCTTa Ha
¢dunbpomaTtosHaTa KOMMOHEHTa Aia MeTannasmpa
B XpYLANHa, rMagKoMyCKyfHa WM MacTHa Tb-
KaH, KakBaTo Te Habnoaasart (2).

CpepHata Bb3pacT Ha NauueHTHTe, AnarHoc-
TUUMpPaHK ¢ ageHodunbpom e 49,8 roguHn. Onu-
CaHaTa nauueHTKa e 74 roguviuHa. B nuteparty-
paTa Hal-Bb3PacTHUAT NaLMeHT e 66-rofuLLeH
MBK. [py GONUNMHCTBOTO OT ONUCAHKTE ClyYyau
ne3uuTe ca JIoKanusMpaHu nepudepHo, Yecto
cybnneBpanHo (2). OcobeHOTO B NpeAcTaBeHN s
cnyJali e eHgObpOHXManHaTa Jlokanmsaums.

Discussion

Adenofibroma of the lung was first described
by Scarff and Conar in 1944 (4). The histogenesis
of this rare neoplastic process continues to be
subject of debate (2). Scarffand Conar argue that
thelesion belongs to chordomas of the lung (4).

Butler and Kleinerman, due to immature car-
tilage seen in their case suggest that adeno-
fibromais nota tumor process, but a disturbance
of the development (3). Stone and Churg exami-
ning the epithelium in these formations found
resemblance with the embryonic stage in the
development of lung, these data supported the
thesis for the mixed origin of the lesion -
epithelial and mesenchymal (6). Suster and
Moran, examining immunohistochemically two
cases of adenofibroma, conclude that these
tumors represent immature form of pulmonary
hamartomas (7). This fact is supported by the
ability of the fibrous tissue to undergo metapla-
siain cartilage, smooth muscle or adipose tissue,
which they observe (2).

The average age of patients diagnosed with
adenofibroma is 49.8 years. Our patient was 74-
years-old. In the literature, most elderly person
with the described lesion is 66-years-old-man.
The majority of these cases are located peri-
pherally, often subpleural (2), and rarely they are
with endobronchial localization asin our case.
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MakpocKoncku pasmepbT Ha nesusaTa Bapu-
pa ot 0,8 8o 2 cM. XCTONOrMYHO TYMOPBT Ce Xa-
paKkTepusnpa C XIe3ncTu CTPYKTypu, Tanuumpa-
HW OT eZIVH pel KYOUYHU NV ULWNHAPWYHY enu-
TEeJIHW KNEeTKM, 3300UKONEHM OT MITbTHa CKNepo-
TMYHA TbKaH, U3rpajeHa OT BPETEHOBUAHU
MOHOMOP®HUN KNeTKn. IMyHOXMCTOXMMUYHO,
enuTenHUTe KNeTkn ca no3ntueHn 3a EMAn TTF-
1, jokaTo Prbpo3HaTa KOMMNOHEHTa € MO3UTKBHA
3aVimentinn CD34.

ApeHodurbpomunTe ce pasrnexgaTt oT HAKoU
aBTOpW KaTo xamapTomu (2, 5,6, 7).

XamapTomuTe ca fobpoKauecTBeHN 06pasy-
BaHuA, npepcTaBnaBawn 6% oOT conutTapHuTe
6enoapobHn Bb3nU. Cnopen MecTonosioXKeHme-
TO UM CbLLEeCTBYBAT ABE KIUHWUYHU dopmu:
VHTpanapeHxumHn (90%) 1 eHZoOPOHXMANTHY
(10%). CpewHaxme cbobuieHMe B pofHaTa
nuTepaTypa 3a eHA0CKOMNCKa pe3eKkuus Ha eHo-
OGpoHxManeH xamapTom (1), KAKbBTO Tepanes-
TMUYEH NOAXOH € U3NOoN3BaH M Mpu HalaTa
naymeHTka. IHTpanapeHXnmMH1Te xamapTomm
0OMKHOBEHO Ca aCcMMNTOMHU, nepudepHo
pa3snonoxeHun nesnn. EHpO6poHxManHuTe ce
NpoABABAT C KaLlnuLa, XeMonToe 1 6poHXM1anHa
0o6CTpyKLMA. XamapToMuTe ca M3rpageHu ot
pa3nMuyHN BULOBE 3penn fe30praHu3npaHu,
TbKaHHUW €NeMEHTN — XPYLUASHA, MAacTHa, CHOM-
yeTa rfagKka MyckynaTypa v 6poHxuaneH envTen
(1). B npepctaBeHyis Cllyyail He OTKPUIXME ApYTL
ME3EHUXMHU efIeMeHTV OCBEH GpUBPO3Ha 1 rnag-
KOMYCKYJ/THa TbKaH.

ApeHodurbpomunTe ca M3rpageHmn oT »Kesunc-
T eneMeHT, AaBally NO3UTMBHA eKCnpecus 3a
TTF-1. BropuaAT mMe3eHXUMeH KOMMOHEHT —
¢nbpo3HuAT, ekcnpecnpa Vimentin n CD 34,
MapKepu XapakTepHU 1 3a MnodrnbpobnactHmTe
KNeTbYHU eflemeHTn. BonwmHCTBOTO OT afieHo-
drbpomuTe ca nepudepHoO PasnonoKeHu, TouU-
HO KaKTo M xamaptomwuTe. [pu TO3M cnyyam e
LEHTPAJIHO Pa3roJioKeHa ne3us, KIVHMYHATa
KapTMHa Ha KOATO e CBbp3aHa C Kawimua u
CJy3HOMHOWHA eKcnekTopauus. HanuumeTo v Ha
rafKOMYCKY/THa KOMMOHEHTa HY aBa M3BECTHO
OCHOBaHMe Aa curTame, Ye B CJlyyas ce Kacae 3a
6enoapobeH xamapTom.

AndepeHumanHo-gnarHoCTMYHO cnedsa fAda
ce vmat npeasua apyru budasHm Tymopm Ha be-
nute gpobose: NynMoHaneH 6nactom, KapLuHo-
capkom, conutapeH ¢$nbposeH TyMop, KaKTo 1
6enoapobHN MeTacTasn OT Pas3fIMYyHUN Me3eH-
XUMHU Tymopu (7). Tlopagn nunca Ha aTunmMsbm
B Cnyyad, audepeHuUmManHa guarHosa c Tesu
TYMOpW He ce Hanata. lNpaBum gudepeHLmanHa
[AVarHo3a CbC conuTapHusa ¢GprMOpPO3eH Tymop,
KOWTO ce xapaKTepu3upa ¢ nponudepauus Ha
BPETEHOBUAHY KNETbYHUN efleMeHTH, B nepude-
puATa Ha KOWTO MMa HOpManeH GpoHXuaneH
enuTen. B Hawwma cnyyan ce HabniogaBaT Xao-
TUYHO PA3MONIOXKEHW Nponudepupany XnesHu
CTPYKTYPU 1 BPETEHOBUOHOKNETbYHA KOMIMO-
HeHTa.

Bbnpeku, ye ageHoPpUOPOMBT € fobpOoKa-
yecTBEH TYMOP, CMOpeA HAKOW aBTOpU € Bb3-

Grossly the lesion size ranged from 0.8 to 2
cm. Histologically the tumor is characterized by
glandular structures, epithelialized by a row of
cubic or cylindrical epithelial cells surrounded by
dense sclerotic tissue, composed of spindle-sha-
ped monomorphic cells. Immunohistochemi-
cally the epithelial cells are positive for EMA and
TTF-1, while the fibrous component is positive
for Vimentinand CD34.

The adenofibromas are considered by some
authorsashamartomas(2,5,6,7).

The hamartomas are benign tumors,
representing 6% of solitary pulmonary nodules.
According to their location, there are two clinical
forms: intraparenchymal (90%) and endobron-
chial (10%). We met a publication of a case in the
bulgarian literature about endoscopic resection
of endobronchial hamartoma (1). The same
method was used in our case. Intraparenchymal
hamartomas usually are asymptomatic, peri-
pherally located lesions. Endobronchial tumors
occur with hemoptoe, cough and bronchial
obstruction. Hamartomas are made of various
types of mature tissue elements.There are
cartilage, adipose tissue, smooth muscle and
bronchial epithelium (1). In our case, we found
no other mesenchymal elements besides
smooth muscle and fibrous tissue.

Adenofibromas are made of glandular ele-
ments giving positive expression of TTF-1. The
second mesenchymal components - fibrous ex-
pressed Vimentin and CD 34, markers chara-
cteristic for myofibroblast cell elements. The
majority of adenofibromas are peripheral, just as
hamartomas. Our case is centrally located lesion
with clinical manifestation of cough and
mucopurulent expectoration. The presence of
smooth muscle component give us some justi-
fication that our case is a form of pulmonary ha-
martoma.

In differential diagnosis should be conside-
red other biphasic tumours of the lung: pulmo-
nary blastoma, carcinosarcoma, solitary fibrous
tumour, and lung metastases from other mesen-
chymal tumors (7). In the absence of atypia in this
case, the differential diagnosis with these tumo-
urs is not required. We are making a differential
diagnosis with a solitary fibrous tumour charac-
terized by proliferation of spindle cell elements
onthe periphery of which has a normal bronchial
epithelium. In our case we observed chaotic
arranged proliferation of glandular structures
and spindle cell components.

Although adenofibroma is a benign tumor,
according to some authors there is a possibility



MOXHa 3/T0KauecTBeHa TpaHchopMaLma 1 meTa-
CTa3u KbM pYr OpraHu, KOeTo Hanara npocse-
JsiBaHe Ha 60nHMA (8).

OnuvcaHusT eHROOpPOHXMaNeH ageHodrbpom
ce cpelya pALKo. 3a AMarHoCTMLUPaHETO My OCO-
6eHO 3HaueHue NMa GPOHXOCKOMCKOTO, XMCTO-
JIOTUYHO U UMYHOXUCTOXUMUYHO M3CeABaHe.
lMo3HaBaHeTO Ha Tymopa 3ac/y)kaBa VHTepec,
Tbl KaTO CBOEBPEMEHHOTO My OTCTpaHABaHe
npegnasea 00MHUA OT NO-KbCHU 6enoapo6HN
YCNOXXHEHWA KaTo achUKCUA U MHEBMOHUN.
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for malignant transformation and metastasis to
other organs, which calls for tracking the patient
(8).

The described endobronchial adenofibroma
is rare. For the diagnosis it's particularly impor-
tant bronchoscopic, histological and immuno-
histochemical examination. The understanding
of the tumor deserves interest because its surgi-
cal removal prevents the patient from pulmo-
nary complications like asphyxia and pneumo-
nia.
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