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A RARE CASE OF LATE DIAGNOSIS
OF ELONGATED STYLOID
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Abstract

Background: Eagle's syndrome comes from the name of the American otolaryngologist - Watt Weems Eagle, who in 1937 was the first to dis-
tinguish a separate disease entity for symptoms associated with excessive elongation of the styloid process of the temporal bone.

Case report: A 42-year old patient was admitted to the Department of Otolaryngology, Laryngological Oncology, Audiology and
Phoniatrics in November 2018, in a planned mode, with persistent throat pain radiating to the right ear, right side head pain, tongue numb-
ness and hoarseness. Symptoms of variable severity maintained for about 9 years, which is why the patient underwent bilateral tonsillecto-
my in October 2016. Due to persistent hoarseness, the patient was also qualified for micro-direct laryngoscopy with the removal of vocal
cord nodules, the procedure was performed in March 2017. Despite the surgical treatment, the pain persisted. On the basis of the medical
history, clinical observation, after analyzing the results of the tests with particular consideration of the neck CT scan with 3D reconstruc-
tion, the patient was diagnosed with right-sided Eagle's syndrome. The patient was qualified for surgery under general endotracheal anesthe-
sia. In November 2018 partial resection of the right elongated styloid process was performed using an intraoral approach. After wound heal-
ing the patient reported complete pain relief.

Conclusions: The elongated styloid process syndrome is most frequently a diagnosis of exclusion. Lack of proper diagnosis often delays sig-
nificantly the implementation of proper management and thus exposes patients to long-term struggle with pain. If non-specific throat pain
persists, the Eagle’s syndrome should always be considered, which can be treated effectively.
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UN CASO RARO DE DIAGNOSTICO TARDIO DEL SINDROME DEL PROCESO
ESTILOIDE ALARGADO Y OSIFICADO

Resumen

Introduccion: El nombre de "Sindrome de Eagle" proviene del nombre de un otorrinolaringélogo estadounidense, Watt Weems Eagle,
quien en 1937 fue el primero en distinguir una entidad de enfermedad separada para los sintomas asociados con el alargamiento excesi-
vo de la apdfisis estiloides del hueso temporal.

Informe del caso: Paciente de 42 afios ingresada de manera programada en noviembre de 2018 debido a dolencias persistentes en la
Clinica de Otorrinolaringologia, Oncologia Laringoldgica, Audiologia y Foniatria. La paciente refiere dolor de garganta irradiado a la oreja
derecha, dolor en la mitad derecha de la cabeza, sensacion de entumecimiento de la raiz de la lengua y ronquera. Las dolencias de diversa
gravedad persistieron durante aproximadamente 9 afios. En octubre de 2016, la paciente se someti6 a una extirpacion bilateral de la amig-
dala palatina. Debido a la ronquera persistente, la paciente también posteriormente fue programada para una laringoscopia directa para
exéresis de nodulos en las cuerdas vocales y dicho procedimiento se realizé en marzo de 2017. A pesar del tratamiento quirurgico, el do-
lor persisti6. En base a la historia clinica, la exploracion clinica y después del anélisis de los resultados de los procedimientos diagndsticos,
con especial énfasis en la tomografia computarizada del cuello con reconstruccion 3D, la paciente fue diagnosticado de sindrome de Eagle
derecho. Se programé a la paciente para cirugia bajo anestesia endotraqueal general. En noviembre de 2018, se realiz6 la eliminacion par-
cial de la apdfisis estiloides excesivamente alargada con via de acceso intraoral. Después de la curacién de la herida, el paciente infor-
mé de una resolucion completa del dolor.

Conclusiones: Sindrome del proceso estiloide alargado y osificado suele ser un diagndstico de exclusion. La falta de un diagndstico ade-
cuado a menudo retrasa significativamente la implementacién del tratamiento adecuado vy, por lo tanto, expone a los pacientes a una lu-
cha a largo plazo con dolencias. Si persiste el dolor de garganta inespecifico, siempre hay que considerar el sindrome de Eagle, que pue-
de tratarse eficazmente.

Palabras clave: sindrome del proceso estiloide alargado y osificado « diagnostico tardio « sindrome de Eagle
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PEIKUN CIIYYAV ITIO3OHEN MTUATHOCTUKU
IITONIOABA3ZBIYHOIO CMHIPOMA

AHHOTaIMA

Beenenne: Haspanne Cunppoma Eagle mponcxopnt otT MMeHN aMepMKaHCKOTO OTOMAPMHIOIOra - Yorta Yumca Vrma, KOTopsIit
B 1937 rogy nepBbIM BbIeNN OTAeNbHOE 3ab0/IeBaHye HA OCHOBAHNN CUMIITOMOB, CBSI3aHHBIX C YPe3MEPHBIM Y[/IMHEHNEM LINIO-
BUITHOTO OTPOCTKA BIUCOYHONM KOCTH.

Omnucanne cryvas: B Hos6pe 2018 ropma 42-/m1eTHss ManMeHTKA MOCTymIa B KIMHUKY OTOMapMHIOIOrNH, TAPMHTOIOTMYECKOI OH-
KOJIOTMM, ayAUOIOruy 1 (pOHMATPUM B IVITAHOBOM PEXMMe II0 IPUYMHE IOCTOSIHHON 60N B TOpJie, MPPagUMPYIOLIell B IPaBoe yXO,
601111 B IPaBOJi CTOPOHE T'OJIOBBI, OHEMEHNA OCHOBAHMA A3bIKA M XPUIOTHL. CYMIITOMBI PAa3IMYHON CTENEHN TAXKECTU COXPAHAIUCh
B TedeHMe IPUMEPHO 9 JIeT, II09TOMY MalMeHTKe OblIa IIPOBeeHa JBYCTOPOHHSIS TOHSM/UISKTOMUS B OKTs16pe 2016 ropa. VI3-3a mo-
CTOSHHOI XPUIIOTBI MALMEHTKA ObI/Ia TaK)Ke HAaIllpaB/IeHa Ha NPAMYI0 MUKPOJIAPVHTOCKOIMIO C YaTleHNeM Y3€lKOB I'O/IOCOBBIX CBS-
30K, onepanusA 6biIa nposefeHa B MapTe 2017 roga. HecMoTps Ha Xupyprudeckoe nedeHne, 601b coxpansanack. Ha ocHoBanuu ncro-
pum 60/1e3HM, KTMHIYECKOTO HAOIIIOIeH s, IIOCTIe aHA/IN3a Pe3y/IbTaToB 00C/IeJoBaHMI, 0COOEHHO KOMITBIOTEPHOII ToMorpadum 1en
C TPeXMEPHOIT peKOHCTPYKI[eii, HallMeHTKe ObI/I IOCTAB/IeH AMArHO3 IIONONbA3BIYHOTO CMH/IPOMA C IPaBoii cTopoHbl. ITannenTka
6bl/1a HaITpaB/IeHa Ha OIlepalMIo MOy, 0OLIMM SHAOTPaxeaTbHbIM HapKO30M. B HosA6pe 2018 1. 6bITa IpOBeieHa YaCTHYHASA Pe3eKIs
MPaBOro YAJIMHEHHOTO INIOBULHOTO OTPOCTKA Yepes poT. [Toc/te 3a>KuB/IeHNs paHBbI IAL[IeHTKa OTMETIIA II0/IHOe YCTPaHeHue 6o

BpiBoap:: [IMarso3 mMuaoNONbA3BIYHOIO CMHAPOMA Yallle BCETO CTaBUTCA IyTeM UCKModeHua. OTCYyTCTBYUe MPAaBUILHOTO AMarHo3a
YacTO 3HAYMTEIBHO 3aMeJ/IseT MPUMeHeH)e COOTBETCTBYIOIEro JedeHNs M, TAKMM 06pa3oM, IPUMBOAUT K J/INTETBHOMY 60IeBOMY
cuHApoMy y nanuenTos. Eciu Hecrrenmduyeckas 60/1b B Top/ie COXpaHAETCsA, BCET/a ClefyeT MPUHATh BO BHUMaHue cuaapom Eagle,
KOTOPBIIT MOKHO 9 PEKTHBHO TeUNTB.

KiroueBrpie cioBa: H.[I/I)IOHOJI’I)S{IS])I‘{H])Iﬁ CUHJPOM e ITIO3JHAA IVATHOCTUKA ¢ CMHAPOM Eagle

RZADKI PRZYPADEK POZNO ROZPOZNANEGO ZESPOLU
WYDLUZONEGO WYROSTKA RYLCOWATEGO

Streszczenie

Wstep: Nazwa ,,zespot Eagle’a” pochodzi od nazwiska amerykanskiego otolaryngologa — Watta Weemsa Eagle’a — ktory w 1937 roku jako pierw-
szy wyrdznil odrebng jednostke chorobowa dla objawow zwigzanych z nadmiernym wydluzeniem wyrostka rylcowatego kosci skroniowe;.

Opis przypadku: Pacjentka l. 42 przyjeta w listopadzie 2018 roku do Kliniki Otolaryngologii, Onkologii Laryngologicznej, Audiologii i Foniatrii
w trybie planowym z powodu uporczywych dolegliwosci: bolu gardla promieniujacego do ucha prawego, bélu prawej polowy gtowy, uczucia
dretwienia nasady jezyka oraz chrypki. Dolegliwoséci o zmiennym nasileniu utrzymywaly sie od ok. 9 lat. W pazdzierniku 2016 roku wyko-
nano u pacjentki obustronne usunigcie migdaltkéw podniebiennych. W zwigzku z utrzymujaca si¢ chrypka pacjentke zakwalifikowano tak-
ze do mikrolaryngoskopii bezposredniej z usunieciem guzkéw gtosowych, zabieg wykonano w marcu 2017 roku. Pomimo zastosowanego
leczenia chirurgicznego dolegliwosci bélowe nadal si¢ utrzymywaly. Na podstawie: wywiadu, obserwacji klinicznej, po analizie wynikéw ba-
dan, ze szczegdlnym uwzglednieniem badania CT szyi z rekonstrukcjg 3D, rozpoznano u pacjentki prawostronny zespét Eagle’a. Chorg za-
kwalifikowano do leczenia operacyjnego w znieczuleniu 0gélnym dotchawiczym. W listopadzie 2018 roku wykonano czesciowe usuniecie
nadmiernie wydtuzonego wyrostka rylcowatego prawego z dostepu wewnatrzustnego. Po wygojeniu sie rany w gardle pacjentka zglosila cat-
kowite ustgpienie dolegliwosci bolowych.

Whioski: Zespot wydluzonego wyrostka rylcowatego najczesciej jest rozpoznaniem z wykluczenia. Brak wlaciwego rozpoznania czesto znacz-
nie op6znia wdrozenie prawidtowego leczenia, a tym samym naraza pacjentéw na dlugotrwale zmaganie si¢ z dolegliwo$ciami. W przypad-
ku utrzymywania si¢ niespecyficznych dolegliwosci bélowych gardla zawsze nalezy rozwazy¢ wystapienie zespotu Eagle’a, ktéry mozna sku-
tecznie leczy¢.

Stowa kluczowe: zespot wydituzonego wyrostka rylcowatego « pézne rozpoznanie » zespét Eagle’a

Introduction

The term Eagle’s syndrome comes from the name of the
American otolaryngologist Watt Weems Eagle, who in
1937 was the first to distinguish a separate disease enti-
ty for symptoms associated with excessive elongation of
the styloid process of the temporal bone [1]. The aver-
age length of the styloid process in an adult human ranges
from 2 to 3 cmy; it is classified as elongated when its length
exceeds 3 cm [2-4].

Three main classifications of the prolonged styloid pro-
cess are distinguished. The first, introduced by Eagle, dis-
tinguishes between classic and carotid artery syndrome.
The classic form is a complication after tonsillectomy when
scar tissue shifts toward the elongated styloid process. It is
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manifested by chronic throat pain, dysphagia, feeling a for-
eign body lodged in the throat, articulation disorders,
atypical facial neuralgia, and pain on opening the mouth
widely. These ailments are caused by irritation of the cra-
nial nerves: trigeminal, facial, glossopharyngeal, and va-
gus. In the carotid artery form there is mechanical com-
pression of the carotid arteries and sympathetic fibers by
the styloid process during rotation of the head. Patients
may report severe unilateral headache, pain on turning
the head, eye pain, visual disturbances, and in extreme
cases fainting [1,5,6].

Another proposed classification of elongated styloid pro-
cess is the Langlais classification where the assessment of
structural abnormality of the styloid process is based on ra-
diological examination. Here, three types are distinguished:
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Type 1 (elongated) — elongation of the styloid process > 3 cm;

Type 2 (pseudoarticulated) — elongation of the styloid pro-
cess > 3 cm and divided into two parts joined by
a pseudo-articulation;

Type 3 (segmented) — a multi-segment styloid process con-
sisting of two or more segments [7].

The third applied classification, O’Carroll’s, is based on
an assessment of the position of the styloid process tip in
relation to the mandibular foramen and here three types
can be distinguished:

Type A - the styloid process tip is located above the man-
dibular foramen;

Type B - the styloid process tip is located between the
mandibular foramen and the mandibular angle;

Type C - the styloid process tip extends below the border
of the mandibular angle [8].

The mechanism behind Eagle’s syndrome is still poorly ex-
plained. There are several hypotheses explaining its causes,
including hyperplasia or metaplasia in response to trauma,
excessive ossification during development, and endocrine
disorders in women during menopause [9,10].

The aim of the study was to present a rare case of the elon-
gated styloid process syndrome and diagnostic difficulties

leading to late diagnosis of Eagle’s syndrome.

Case report

A 42-year old female was admitted, in a planned mode, to
the Department of Otolaryngology, Laryngological Oncol-
ogy, Audiology and Phoniatrics at the Medical University
of Lodz in November 2018 with persistent throat pain ra-
diating to the right ear, ipsilateral head pain, tongue numb-
ness, and hoarseness. The patient did not report a previ-
ous history of trauma. Symptoms of variable severity had
continued for about 9 years, which is why the patient un-
derwent bilateral tonsillectomy in October 2016. Due to
persistent hoarseness, the patient had also been previous-
ly qualified for micro-direct laryngoscopy with removal
of vocal cord nodules, a procedure performed in March
2017. Despite the surgery, pain persisted. The patient de-
scribed the pain as stabbing and not responding to pain-
killers. She underwent several consultations with different
specialists. The patient underwent an MRI of the tempo-
romandibular joints and a neck ultrasound, with no sign
of abnormality. To aid diagnosis, a neck CT scan with 3D
reconstruction was performed in September 2018 (Fig. 1).
This revealed elongation of the styloid processes, especial-
ly on the right side: about 35 mm on the right side and
32 mm on the left.

On the basis of the medical history, clinical observation,
and the tests and scans — particularly the neck CT with 3D
reconstruction — the patient was diagnosed with right-sid-
ed Eagle’s syndrome. The patient was qualified for surgical
procedure under endotracheal anesthesia, and in Novem-
ber 2018 a partial resection of the excessively elongated

Olszewski J. et al. — A rare case of late diagnosis...

Figure 1. Computed tomography in the frontal plane with
three-dimensional reconstruction (3D-CT) of the neck in
the treated patient with visible elongated styloid process
on the right side

right styloid process was performed using an intraoral ap-
proach. The surgery and postoperative period were une-
ventful. After recovery, the patient reported complete re-
mission of pain and symptoms.

Discussion

Eagle’s syndrome is a rare disease entity. It is a complex
of symptoms that include recurrent throat pain, feeling
of a foreign body lodged in the throat, headache, pain on
neck rotation, otalgia, change in voice, and sensation of
hypersalivation. Our patient complained of throat pain
radiating to the right ear, headache, tongue numbness,
and hoarseness.

Saccomanno et al. reported a rare case of a 60 year-old
woman who presented severe unilateral trigeminal and
glossopharyngeal neuralgia. The patient was subjected
to conservative therapy for a few months which failed to
relieve the symptoms. After several consultations with
different physicians, a diagnosis was finally made based
on a radiological examination (3D-CT). Surgical styloid-
ectomy was performed with successful remission of symp-
toms [11].

On available reports, it has been estimated that the elongat-
ed styloid process occurs in 2-11.8% of the general popu-
lation, 4% of which are symptomatic [12-15].

Bozyk et al. [4] assessed the length of the styloid process
in 100 asymptomatic patients and the longest process was
72.2 mm.

In the available reports no correlation has been estab-
lished between the frequency of the syndrome and gender,
nor between the length of the styloid process and age [4].

Three-dimensional computed tomography reconstruction
(3D-CT) is important for imaging elongated styloid process.
Some authors also recommend cone beam computed tomog-
raphy (CBCT), which also gives a three-dimensional im-
age but uses much smaller dose of radiation. Conventional
X-ray images present only a general picture of bone struc-
tures although can be informative in the initial diagnosis [4].
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Treatment of elongated styloid process syndrome may
be conservative or surgical. Conservative treatment is
mainly used in the classic form of Eagle’s syndrome. It
includes injecting the tonsil lodge with anesthetics or
glucocorticoids. Available reports also indicate the use
of oral antiepileptic drugs or antidepressants as a non-
surgical therapy.

Intraoral and extraoral approaches are used in surgical
treatment. The unquestionable advantage of intraoral ap-
proach to the styloid process is shorter duration of the
surgery and better cosmetic effects. Some authors draw
attention to the higher risk of complications associated
with limited visibility of the operating field compared to
the extraoral approach [5,16]. Kiralj et al. have compared
the two types of surgery. The authors reported cases of
two male patients (49 and 34 years old) with elongated
styloid process. Surgical involved unilateral right styloi-
dectomy by the intraoral approach in the first case, and
right styloidectomy by the extraoral approach in the sec-
ond. Post-operative recovery was successful in both cases
with no complications [17].

In the literature, transoral robotic styloidectomy has also
been described as an alternative to traditional surgery [18].

Lack of proper diagnosis often delays proper treatment
and exposes patients to a long struggle with their ailments.

References

The effectiveness of surgery in the treatment of elongat-
ed styloid process syndrome (in terms of pain relief and
significant or complete remission of other symptoms) is
about 80% [19].

Conclusions

1. An elongated styloid process syndrome is most fre-
quently a diagnosis of exclusion.

2. Due to nonspecific symptomatology, it is often a di-
agnostic challenge for doctors of many specialties, but
mainly otolaryngologists, neurologists, dentists, and
family doctors.

3. Lack of proper diagnosis often significantly delays the
introduction of proper treatment and exposes patients
to long-term discomfort.

4. If non-specific throat pain persists, Eagle’s syndrome
should always be considered, a condition which can be
treated effectively.

Written informed consent was obtained from the patient
for the publication of this case report and accompanying
image.
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